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Abstract

Children with life-limiting neurodevelopmental diskties are a small but unique and
important group within the paediatric populationhi current policy discussions
acknowledge that children with developmental disi#s are a heterogeneous group, policy
prescriptions and legislation are aimed at the grasia whole which may not account for the
exceptional needs of these children and their famiAs a diagnostic group children with
complex disabilities were identified as potentiddbnefiting from a comprehensive palliative
care service, particularly where the child’s coioditinvolves susceptibility to health
complications and the likelihood of premature deBispite this there is relatively little
known about the morbidity experienced by this gattir group of children and their

families, or how well current services meet th&eds.

This mixed methods study explored the palliativeeceeeds of young children with life-
limiting neurodevelopmental disabilities and thfaimilies and the services that are currently
available to them. A sequential explanatory mixexthmads design was used to explore
families experiences of providing care and engauiitly services. Families participated in a
postal survey (n=63) and interviews (n=12). A Deldsign, consisting of three individual
interviews and a panel of 13 service providers|agp expert opinion on current services
and the changes required to improve service dgliteethis population of children and their
families.

The findings suggest that although the childrereegpce considerable morbidity associated
with their condition, access to specialist paNiatcare services is not routinely required, and
this group of children may be better served by muprg access and frequency of the
mainstream services that are currently availalhe. morbidity experienced by the family
rivals that experienced by the child, yet famikeggest that this is under acknowledged and
that their engagement with services often actxacerbate rather than ameliorate the stress
they experience. Both parents and service providertify that current services are under-
resourced and insufficient to meet the needs efgbpulation of children. However, they do
not agree issues related to how services currémiltion, or on the factors that would best
act to improve these services.

The need to amend current practice in order t@battet the needs of this population of
children and their families is evident in the fings of this study. The amendments required
relate to several aspects of current practice thiougreater support for families caring for
young children with life-limiting neurodevelopmehtisabilities, improving the process of
service delivery, and improving the services thdvese
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Chapter 1: Introduction to the Study

There is nothing like looking if you want to find somath
You certainly usually find something if you look, butstnot always quite the something you were
after.
J.R.R. Tolkein
The Hobbit
Harper Collins Children’s Books
Re-issue Edition, 2009 p.156

1.1 Introduction
Children’s palliative care attends to the physipalchological, social and spiritual

requirements of children with life-limiting andé#threatening conditions and incorporates
the care of the child’s family as an essential péits remit (Sepulvedat al, 2002).

Although the principles of palliative care for ahién and adults are comparable there are
many ways in which children’s palliative care isgue. These include the wide spectrum of
childhood conditions which may render a child ira®f palliative care, the rarity of many
childhood life-limiting conditions, and the factathchildren requirements for palliative care
is often prolonged, intermittent and at times udptable (Association for Children with
Life-Limiting or Terminal Conditions and their Falles [ACT] & Royal College of
Paediatrics and Child Health [RCPCH], 1997, 20@®% Department of Health and
Children [DOH&C], 2001, 2005, 2010; World Healthganisation [WHO], 1998, 2002). An
additional critical feature of children’s palliagivcare is the centrality of a family-centred
approach which focuses on the child and familyhasunit of care, with an emphasis on the
holistic care of all involved (WHO, 2002; Sepulvestaal 2002; Council of Europe [COE],
2003; DOH&C, 2005, 2010).

It is within this framework of children’s palliagvcare, as a conceptualisation of holistic,
family-centred care relevant to all children witfedlimiting, life-threatening and terminal
conditions, that the current study is presente@. Jurpose of this chapter is to provide an
introduction to, and set the context for the stutlipegins with a definition of the terms and
concepts used throughout the study, provides argeoeerview of the study, and presents
the theoretical framework on which the study isdoag he chapter concludes with an outline

of the format of the remainder of the thesis.
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1.2 Definition of Key Terms

In order to be clear about the focus of this sttit/necessary to clearly define the terms and
definitions that are used. This section introduares defines the key terms used throughout

the study.

1.2.1 Definition of Child

Irish legislation specifies a “child” to be a pensander the age of 18 years other than a
person who is, or has been, married (Governmehelaind, 1991). This is generally the
agreed term in children’s research literaturehbdontext of this study the term “young

child” refers to a child aged six years and under.

This demarcation point was a pragmatic rather gralosophical one. Children under six
years represent a developmentally distinct popriatvhereas including all children up to 18
years spans the entire spectrum of childhood dpuatatal stages. It is acknowledged that
confining the study to young children may limit th®ope of the findings. However, it is also
proposed that confining the scope of the studyotang children has distinct advantages
including: children under six years represent aenftmmmogenous sample, which eliminates
the confounding variable of different developmestalges; this group of children are likely
to have comparable needs and service availabilitys confining the sample in this manner
may act to increase the generalisability of thdifigs to similar populations. Circumscribing
the population for the study was essential to ifigng and accessing the population of
interest which would have proved almost impossiblégne absence of a rigorous database

from which to draw a representative sample.

1.2.2 Definition of Palliative Care Concepts Usedi n the Study.
The concept of palliative care is not necessaréyl wnderstood and definitions of it vary,

particularly in the context of the uncertain progiscassociated with many childhood
conditions (Daviegt al, 2008). It is essential to differentiate betwearier conceptions of
palliative care as a focus on end-of-life or terahicare (WHO, 1990), and the more recent
broader conceptions of palliative care which foeasolistic care throughout the illness
(Sepulvedaet al, 2002) and to clarify which focus is being usedlli&tive care in this study
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refers to the modern concept of palliative cararastegrated and holistic approach to the
management of care for all children with life-limg and life-threatening illnesses and their
families. It is defined in accordance with the defon proposed by the ACT and RCPCH
(2003:9)
“palliative care for children and young people with limiting conditions is an active
and total approach to care, embracing physical tiemad, social and spiritual elements.
It focuses on enhancement of the quality of lifiethe child and support for the family
and includes the management of distressing symptamsision of respite and care

through death and bereavement”.

It is also necessary to acknowledge the distindtemveen “specialist” and “generalist”
palliative care. Where reference is made to palBatare in the study it does not imply
specialist palliative care services. It refers ntoréhe palliative care philosophy or approach
to care rather than to the specialist care deld/byea particular service or place of delivery.
This idea that a general palliative care approa@pplicable to all individuals and families
facing life-threatening or life-limiting illnessniall care settings, has been widely endorsed
nationally and internationally (WHO, 2002; CoE, 2000H&C, 2001; 2005; 2010).
Similarly in the context of this study a palliatieare need is defined as a physical,
psychological, social or spiritual need that isseré in the context of life-limiting or life-
threatening illness. It is the context of the lifeiting condition rather than the complexity of
the need that designates a palliative care nedmke§uently having a palliative care need
does not necessarily imply a requirement for spistisalliative care services.

1.2.3 Definition of Neurodevelopmental Disability
Neurodevelopmental disabilities comprise a diverselp of diseases with variable iliness

trajectories and life expectancies. There is aarestte list of neurodevelopmental
conditions, but they all have dysfunction of thewoeis system in common. These conditions
vary along a number of dimensions including thetiadogy, stability, predictability,
complexity and threat to life and associated iatgillal disability (Hagerman, 1999; Tager-
Flusberg, 1999; Goldstein & Reynolds, 2010). Indixlly many of these diseases are
extremely rare, but as a group they are unitedhey progressive nature and limited
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prognosis. For such children premature death eyliglthough often unpredictable (Eiser,
1993).

Where this study uses the term “life-limiting nede@elopmental disability” it refers to a
condition of neurodevelopmental origin for whicleté is currently no cure, and which is
likely to lead to the child dying prematurely. Wit is acknowledged that many children
with life-limiting neurodevelopmental disabiliti@say have long periods of relative stability
interspersed with episodes of acute, potentididythireatening illness and complications
(Eiser, 1993), the overarching context of the chitandition is one of a limited life

expectancy secondary to a condition for which mattve intervention exists.

1.2.4 Definition of a Life Limiting Condition
While the terms “life-limiting” and “life-threateng” are commonly and often

interchangeably used to describe the spectrumilafreh requiring palliative care, there has
also been some debate in the literature aboutntiégaity of these phrases. This study uses
the term “life-limiting” in the context of the deifition proposed by Sutherlamed al (1994).
Sutherland proposes that a life-limiting conditisrone for which there is currently no cure
and which is likely to result in the child dyinggmnaturely, whereas a life-threatening
condition is one where there is a possibility tim&dical intervention may prove successful.
This distinction is compatible with the definition life-limiting illnesses proposed by the
ACT and RCPCH (2003:9) who define life-limiting abtions as

“those for which there is no reasonable hope of @nd from which the child or young

person will eventually die”.

1.3 Background to the Study

Literature is replete with discussions of whichldtgn would benefit from access to
palliative care services and under what circumstanglthough widely used, Ste@t al
(1993) have cautioned against a diagnostic apprwachildren’s palliative care service
eligibility. They suggest that this approach reliesthe presence of a specific medical
diagnosis and is subject to a number of limitatiansluding: not every disorder to which

children are subject can be included; diagnostiera may vary between clinicians and
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clinical settings; symptoms may be present wedldaance of official diagnosis; diagnostic
labels do not adequately convey the extent of nddshiand categorisation based upon
medical diagnosis has an inherent bias towarddremlwith access to medical care and
services. Additionally the Children’s Internatiortbject on Pediatric / Hospice Services
[ChIPPS] (2001) suggests that prognosis for stertrtsurvival should not be required as a
criterion for access to children’s palliative caethe illness trajectory is notoriously difficult

to predict with accuracy.

The philosophical underpinning of current interoaél paediatric palliative and supportive
care models advocates that palliative and supgociave should be offered to all children
with life-threatening or chronic illnesses / didaigis with complex care needs (WHO, 2002;
ACT, 2003, 2009; DOH&C, 2005, 2010). It is widelycapted that an overlap exists between
the care required by children with a life-limitintness and that required by children with
complex disabilities (ACT, 2003, 2009; DOH&C, 20@®10). Regardless of the diagnosis
or nature of the condition, the challenges confrgntamilies caring for any child with a life-
limiting conditions whatever its origin are mul&plcomplex and specific. The needs of such
children and their families require special consatien to enable the appropriate delivery of
multidisciplinary care which aims to relieve suifgy and improve quality of life. It is
proposed that from the time of diagnosis, througtioa iliness trajectory, an integrated
model of palliative and curative care be adoptealtov the child and family to benefit from
both philosophies of care (ChIPPS, 2001; WHO, 2@@2ZT & RCPCH, 2003, 2009;

DOH&C, 2005; Mack & Wolfe, 2006; Radbrueh al, 2007). If required, involvement in
specialist palliative care services should occuyeanticipating a child’s needs well in
advance of deterioration and assisting with lai@ges symptom management and
psychosocial issues (WHO, 2002; ACT & RCPCH, 2Q&TR)9).

1.3.1 The Irish Context
Death rates for children aged under 18 years laricehave declined from 5.1 per 10,000 in

2002 to 3.8 per 10,000 in 2006 with the majoritebildhood deaths occurring in the period
of infancy (DOH&C, 2008c). There were 1,543 childdaleaths in Ireland between 2007
and 2009 of which almost half (49%) again occurmechildren under one year (Central
Statistics Office [CSO], 2010). In 2008, the lasayfor which reliable and comprehensive
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statistics are available, the International Clasaifon of Diseases [ICD] classifications VI,
XVI and XVII (WHO, 2007) accounted for 281 of the4deaths (69.5%) that occurred in
children 0-14 years, and 272 of the 336 deaths J8t&b occurred in children under four
years (CSO, 2010). It is difficult to extrapolatéwany certainty from the figures that are
available what proportion of these children expereasl a life-limiting neurodevelopmental
disability although it is probable, given the diagtic classifications, that it would be

noteworthy.

As a result of increasing medical sophisticatiomynaore children are now surviving with
complex disabilities which require consistent anthplex health care over the course of the
child’s life (Cohen, 1995; Alvarez, 2008). Childresth life-limiting neurodevelopmental
disabilities are a unique and important group witie paediatric population. As a diagnostic
group they were identified as potentially benefjtirom a comprehensive palliative care
service, particularly where such a disability ined susceptibility to health complications
and the likelihood of premature death (ACT & RCPQHB(Q3, 2009; DOH&C, 2005, 2010).

It is not possible to estimate the number of cliiddying from, or living with, life-limiting
neurodevelopmental disabilities as no empiricahblase exists. Although there were 2,800
children (0-17 years) registered as having medieabls on the National Intellectual
Disability Database [NIDD] in 2009 (Kellgt al, 2010), of which 40% were under 6 years of
age (n=1121), the complexity of medical need tludslelren experience cannot be identified
as children are categorised only according to wdrath not a medical need exists. Despite
the fact that Quinet al (2005) identified the urgent need for a databatie agreed criteria
and reporting protocols over five years ago, te dt database exists from which to assess
the prevalence of this population, or indeed tlevalence of childhood life-limiting

conditions in general.

Children with these conditions, particularly thegeo are medically fragile and have the kind
of complex ongoing medical needs frequently assediwith a life-limited prognosis, are a
vulnerable population of children who have inteestare needs and utilise numerous health
care services (Mentro, 2003). In Ireland care eséchildren commonly involves a variety

of statutory, voluntary and charity services (DOH&D10). This may increase the potential

! These classifications relate to diseases of theons system, certain conditions originating in the
perinatal period, congenital malformations and ofwsomal abnormalities.

21



for organisational and service delivery fragmentain the absence of collaborative working
and shared expertise. Subsequently the needssaf thddren and their families require
special consideration to enable the appropriateeatglof multidisciplinary care which aims
to relieve suffering and improve quality of life this context it is increasingly important that
there is a foundation of sound research evidenoa wich to base proposed changes to
policy and services. Health services research @dysy role in the approach to
policymaking in any health system. It can assess$iealth system against defined policy
objectives to ensure that the goals in providingitheare are being met, and it can also
identify shortcomings in the system. The WHO (200%)poses that there is a strong need
for evidence examining health care outcomes adsalcvaith particular policies and models
of service provision. This study, which exploreshbilie needs of children with life-limiting
disabilities and their families and the servicesently available to them, from the
perspectives of both service users and servicadges will make an additional contribution

to this research base.

1.4 Overview of the Study

This study explores the palliative care needs,dstlidtery of services, to young children with
life-limiting neurodevelopmental disabilities arfebir families in Ireland. The following

section presents the rationale for conductingstidy including its aims and objectives.
The modes of inquiry are presented only brieflyhia following section. These are discussed

in detail in subsequent chapters in the thesisirEig.1 maps the study’s aims and objectives

to the modes of inquiry and to the final outputshef study.
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Figure 1.1 Overview of the Study
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1.4.1 Rationale for Conducting the Study
Life-limiting neurodevelopmental disabilities aedatively rare conditions, although as

Zurynskiet al (2007) demonstrate, low prevalence does not dguaimpact. It is widely
accepted that an overlap exists between the ndéetiildren with life-limiting disabilities

and the palliative care needs of children with deaniange of life-limiting and life-

threatening illnesses (ACT& RCPCH, 2003, 2009; DA&010). However in order to
integrate and tailor palliative care services t@hteese needs a comprehensive assessment
of exactly what needs exist, and an evaluatiocuofent services capacity to meet these
needs is required. This evidence is not currertdiflable, as up to this point there has been
limited systematic investigation of the particuteeds and experiences of this unique

population of children and their families. Thisdywaddresses this deficit.

A systematic and comprehensive approach that cerssitie broad ranging implications of
disease in all aspects of the child and their fgmllves should be the standard of practice
for all children with palliative care needs (Bro&kdain, 2008; ACT & RCPCH, 2009). Yet,
at a general level, there is evidence that cumedels for the treatment of children with
serious, life-limiting or terminal illnesses areadequate, with research suggesting the
provision of inadequate support services that iatdgration into the mainstream of therapy
(Huntet al, 2003; Quinret al, 2005; Steele & Davis, 2006). There is also eweethat
children with disabilities have trouble in accegsihe current Irish model of palliative care,
and where services are available they are compteXusing and uncoordinated (Redmond
& Richardson, 2003). It would appear that manyhef programmes and services available
are based upon the assumptions of healthcare prsvidther than the experiences of those
involved, and this has inhibited the developmemneafistic, compassionate and integrated

services to this population of children and thamilies.

While it is acknowledged that not all children wighlliative care needs will require specialist
palliative care services, tiialliative Care Needs Assessment for Childii@®H&C, 2005)
highlights the need for a coordinated approactgtappropriate care, given in the location
of choice, by healthcare professionals specifioatlycated and trained to care for children.
In order to bridge the gap between the aspiradMACPC (DOH&C, 2001) and the
situation described in tHealliative Care Needs Assessment for Childi®@H&C, 2005)
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the DOH&C adopted a new policy for children’s pative carePalliative Care for Children
with Life-Limiting Conditions — A National Poli¢pOH&C, 2010). This policy proposes to
build upon existing frameworks and resources tovdethildren’s palliative care that will
better meet the needs of all children with lifeitimg conditions and their families. However
in reality there is often a discrepancy betweeilcgand practice, and although presenting a
new and expanded vision for children’s palliatiaecin Ireland it is probable that the
resources available to implement the policy wiNéa significant impact upon the
implementation of this new plan. In this contexsitncreasingly important that there is a
foundation of sound research evidence upon whidlase these proposed changes to policy
and services. The World Health Organisation (2@085) proposes that there is a strong
need for evidence examining health care outconsescaged with particular policies and
models of service provision. This study will makeaalditional contribution to this research

base.

Although theReport on a Research Study of the Palliative Cageds of Children in Ireland
(Quinnet al, 2005) provides recommendations to guide the deweént of children’s
palliative care in Ireland, the authors specifyt thés is a generic overview rather than a
model designed to meet the needs of specific grdujss therefore, necessary to explore the
unigue needs of this particular population in ofdegstablish existing needs and to evaluate
the capacity of existing services to meet thess.ifthportant to look specifically at children
with life-limiting neurodevelopmental disabiliti@nd their families because it is possible that
the genetic component involved in many developmeiisabilities, as well as the complex
medical regimes that often must be implementeaateh and the omnipresent threat of a
life-threatening medical crisis create specialwginstances for this population of children and
their families. Research in this area is needemduide the premise of fact upon which
national policy must be built, and services desigawed delivered. Exploring the palliative
care needs of individual specific groups of chitdigalso congruent with the general
children’s palliative care research agenda propbyge@uinnet al (2005) and Steelet al
(2008).
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1.4.2 Study Aims and Obijectives
The overall intention of this study is to providedetailed and reliable evidence base that

relates to the palliative care needs and delivésgovices to young children with life-
limiting neurodevelopmental disabilities and thfamilies in Ireland. The study proceeds in
two phases. Phase One focuses on the perspective dfild and family and has three main
objectives. These include -
» To explore the palliative care needs of childrethwfe-limiting neurodevelopmental
disability and their families.
* To explore the impact of providing ongoing carettom family.

* To explore families’ experiences of the servicds/deed to them.

Phase Two of the study focuses on the perspeaivg&svice providers and relates to the
current provision of services to these children dear families. This second phase has one
main objective which is to identify expert opinion the issues involved in providing
services to this population of children and thamilies.

1.4.3 Modes of Inquiry
In order to meet the objectives of the study it wasessary to employ several modes of

inquiry. Consequently the study uses a mixed metldedign. The first phase of the study
uses an explanatory mixed methods design, ancct®liiata using both postal surveys and
interviews. The second phase of the study utiles@lphi approach to elicit expert opinion
on the issues involved in providing services ts fopulation of children and their families.
A more detailed overview of the methodology is presd in Chapter Four, with the specific
method for each individual phase and stage ofttidysdiscussed in detail in Chapters Five
to Seven.

1.5 The Theoretical Basis of the Study

A theoretical base was needed to underpin this/stdnich reflected the critical concepts
with which the study was concerned. This studpated in the concepts of family nursing
and children’s palliative care both of which empsaise family as a unit of care, the delivery
of family-centred care, and a focus on the famdlyadegitimate target for intervention.
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Subsequently a theoretical framework which ackndgés the family as a central factor
which can, and does, have a profound impact upepliysical and psychological health
status of individual family members and the fansygtem itself was required. This section
presents the theory upon which this study is basedely Family Stress, Adaptation and
Adjustment Theory (McCubbin & Patterson 1983a, 1883cCubbin & McCubbin, 1991,
1993; McCubbiret al, 1996a), and the rationale for its choice.

1.5.1 Choice of a Family Theory for the Study
There is no singular conceptual framework or thdmsn nursing that fully describes the

relationships and dynamics of families and provisigéiciently broad knowledge on which
to assess and intervene with families (Freidetaal, 2003). In this context theories from a
variety of social science disciplines were explagisd potential basis for this study.
Amongst these were Family Systems Theory (Bowern8)tEcological Systems Theory
(Bronfenbrenner, 1979, 1989); and Family StresgpAation and Adjustment Theory
(McCubbin & Patterson 1983a, 1983b; McCubbin & MbBin, 1991, 1993; McCubbiet
al, 1996a).

The application of a systems perspective had pdaticelevance to the study in its
conceptualisation of families as comprised of irdlial members who share a history, have
some degree of emotional bonding, and developegiied for meeting the needs of individual
members and the family as a group (Bowen, 1978d¥er Family Systems Theory is
principally related to family transactional processand appears to be heavily orientated
towards identifying the emotional and interactiopadblems within the family. This study
required a theory that sufficiently addressed $isee of family coping and adaptation, a
pivotal feature of family-centered care when acthid a life-limiting condition or requires

ongoing complex care.

Ecological Systems Theory (Bronfenbrenner, 19789) % a theory of human development
which emphasises the contribution of environmefatetiors to human development. The
potential of this theory to the current study layts emphasis on studying relationships
amongst family subsystems. However Ecological $yst€heory has a very specific
orientation towards the development of the indimidather than the family unit, explicitly
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stating that contexts are always defined from ib&/point of the developing person
(Bronfenbrenner, 1989:227). Additionally, Ecolodi&ystems Theory ultimately represents
a model of normal family development and functi@niwhereas this study was concerned

with specific iliness related factors and their sequences for the family unit.

Both of these theories had concepts relevant sostiidy: both acknowledge the inevitability
and ubiquity of family change, and both have aaraxttional and holistic focus. However,
this study required concepts and guidelines weielwere not provided by either Family
Systems Theory (Bowen, 1987) or Ecological Systéheory (Bronfenbrenner, 1989). The
study is based upon the premise that in the confesttiidhood life-limiting
neurodevelopmental disability the functioning af family unit interacts with each
individual member of the family in a discernableywehich subsequently affects the health
status of each individual family member and theilfjaomit itself. In this specific context
Family Systems Theory presented too broad and geaerapproach, with a primary focus
on understanding the organisational complexityaofifies and the interactive patterns that
guide family interactions. Conversely, Ecologicgst®ms Theory presented too
individualistic an approach, which focused mordlaindividual than on the processes of
family coping. Consequently this study used FarSiiess, Adaptation and Adjustment
Theory as its theoretical foundation (McCubbin &tBeson 1983a, 1983b; McCubbin &
McCubbin, 1991, 1993; McCubbet al, 1996a). At a time when health policy is shiftihg
focus of care from hospital to community wherevesgble (DOH&C, 2001a) the case for
assessing and addressing the needs of families tfeé primary carers, seems obvious.
Although this health policy shift towards primamgre underscores the family’s role key in
providing care and facilitating positive health@arhes, at the same time recent social policy
and legislation, particularly in the context ofaldity services, has narrowed the focus of

care with a distinct emphasis on “person-centred’ca

1.5.2 Family Stress, Adaptation and Adjustment Theo  ry
There has been a concerted effort amongst resesmmber the past decades to account for

the observed differences among families in thepireg with, and adaptation to, stressful
situations, and a substantial amount of crossliation amongst the theories developed. An

example of this is Family Stress, Adaptation anguainent Theory (McCubbin & Patterson
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1983a, 1983b; McCubbin & McCubbin, 1991, 1993; MbBin et al, 1996a) which borrows
heavily from Ruben Hill's seminal “ABCX Family CisModel” (Hill, 1949; 1958), and
draws heavily on family systems and family develeptrtheory. According to McCubbin
and Patterson (1983a) this new theory establishieé aetween Hills’s original Family
Stress Theory (1949; 1958) and the subsequentgibgaial and psychological theories of
stress developed by Lazarus (1966) and Selye (1974)

Family Stress, Adaptation and Adjustment Theollyased upon the Double ABCX Model of
Stress and Adaptation (McCubbin & Patterson 198983b), which utilised Hill’s original
key concepts of a stressor event; the family’'ssriseeting resources and the meaning the
family makes of the event to explain a family’spesse to stress. According to Hill (1949,
1958) a family’s susceptibility to crisis is detened by the balance between these key
factors. While Hill's original model focused prinilgt on pre-crisis variables that account for
differences in families’ capabilities and adaptatidMcCubbin & Patterson (1983b) proposed
that assessing families’ post-crisis behaviour iregiua more dynamic model that focused on
family efforts over time. The Double ABCX Model Bamily Adaptation (McCubbin &
Patterson 1983a, 1983b) expanded upon and suppiesndilis’s original key concepts in an
effort to describe the additional life stressorsallshape the course of family adaptation
[Appendix A]. These post-crisis variables includ#ue critical psychological, intra-family
and social resources families acquire and emploganage crisis situations over time; the
changes in definition and meaning families devétoan effort to make sense of their
situation; the coping strategies families emplayd ¢he range of outcomes of these family

effort.

Stress is not a pejorative term within Family Stresdaptation and Adjustment Theory, but
neutrally described as a life event or transitrapacting upon the family unit which
produces, or has the potential to produce, changeeifamily social system (McCubbin and
Patterson (1983a:1983b). In the context of thidysthis stressor is represented in the child’s
condition and the attendant care work involved Wwtias long been identified as a chronic
family stress in the context of childhood disakiliRay & Ritchie, 1993; Dyson, 1997,
Keating, 1997; Kearney & Griffin, 2001; Dagd al, 2002; Redmond & Richardson, 2003),
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and similarly identified in the context of childhebéfe-limiting conditions (O'Brien, 2001;
Steele & Davies, 2006; Katz, 2002)

Rather than Hill’'s concept of a single stressoméviglcCubbin & Patterson (1983a, 1983b)
propose that families experience an accumulatignlerup of demands over time. They

refer to these as “aA” factors within theory modeiggesting that the demands may originate
from a variety of sources including: individual fldyrmembers, the family system, or the
community of which the family is a part. In the text of this study this accumulation of
demands represents the ongoing difficulties astatiaith the child’s health status, the
difficulties encountered in managing the child’se;ahe impact of care provision on other
family members and the family unit, and the sowaiatld outside the family with which they

must engage.

Family adaptive resources are termed “bB” factorslcCubbin & Patterson’s model

(1983a, 1983b). These are defined as “part ofahely’s capabilities for meeting demands
and needs” (McCubbin & Patterson, 1983b:14). Theygest two distinct types of adaptive
resources: existing resources, which are alreadtyopéhe family repertoire and serve to
minimise the impact of the initial stressor; anga&xded family resources, which are new
resources which are strengthened or developedponse to the new demands. “cC” factors
refer to the meaning that the family gives to ttaltcrisis situation (McCubbin & Patterson,
1983b). This is influenced by perceptions of thesstor believed to have caused the crisis as
well as the added stressors, the old and new res®awailable to the family, and estimates

of what needs to be done to bring the family bax& a state of equilibrium or balance.

Families attempts to redefine the crisis situagenerally involve efforts to clarify the issues,
hardships and tasks involved in the crisis in &napt to render them more manageable and
responsive to problem solving efforts; decreasarttensity of the emotional burden
associated with the crisis situation: encouragdéhely to carry on with its fundamental
tasks of promoting the social and emotional develaqt of its members. Thus, according to
the Double ABCX model while resources, perceptiod behavioural responses interact as a
family attempts to achieve a balance in family tiorang, coping, which has both cognitive
and behavioural components, becomes a bridgingeppietween bB and cC factors.
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In the Double ABCX model the “xX” factor refers family adaptation and balancing.
McCubbin & Patterson (1983b, 1983b) suggest thaetlkelements need to be considered in
family adaptation: the individual family memberetfamily system; and the community of
which the family members and family unit are a pArbalance needs to be achieved
between the individual member and the family uaniid between the family unit and the
community. Each of these elements is charactebgdabth demands and capabilities.
According to the model “family adaptation is acteewthrough reciprocal relationships
where the demand of these units is met by the dépebof another so as to achieve a
“balance” simultaneously at two primary levels mifeiraction” (McCubbin & Patterson,
1983b:18). Family adaptation is the central concapd outcome measure, of Family Stress,
Adaptation and Adaptation Theory. The concept edlus describe a continuum of outcomes
which reflect efforts to achieve a balanced “fit'tlae levels of member-to-family, and
family-to-community. This adaptation continuum raegrom “Bonadaptation” (positive
adaptation which signifies positive outcomes) tcattlaptation” (which signifies negative

outcomes or the emergence of a crisis situatioJQibbin & Patterson 1983b:13).

1.5.3 Relevance of Family Stress, Adaptation and Ad  justment
Theory to the Study

From the perspective of Family Stress, Adaptatiwh Adjustment Theory the child and the
family are inextricable linked: the health of orfeeeting the health of the other through
dynamic and reciprocal interaction effects. Thethgrovides a relevant and sound
theoretical framework for this study in its conaegisation of the family as a dynamic,
developmental and functional unit and a legitinfatais of care which is compatible with the
philosophical roots of this study. The theory isl@ly used in family nursing representing a
strengths based approach to families with a foouadaptability (Garmezy, 1991). In
addition, its shifting of the outcome variable fréamily crisis to adaptation reflects the
evolution of a more strengths and resiliency oagah of family stress and disability
researchers (Freidmast al, 2003; Darbyshire & Jackson, 2004). It also playgtal and
positive role in explaining support and in-homeeci&r promote the wellbeing of family
members who may be affected by illness (De Matcal, 2000).
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Using Family Stress, Adaptation and Adjustment Themd the Double ABCX Model
Patterson & McCubbin (1983a, 1983b) identify eigbtential sources of family stress in the
context of childhood chronic illness. These inclgtl@ined family relationships;
modifications in families’ activities and goalsgtburden of increased tasks and time
commitments; increased financial burden; socidatsmn; the need for housing adaptation or
modification; medical concerns (related to obtagnbompetent medical care; understanding,
clarifying and verifying medical information; théidty to follow through with prescribed
home treatment; how to help the child endure olinmire pain and other symptoms; and
worry and uncertainty regarding the child’s progapslifferences in the child’s school or
social experiences; and grieving associated witkeldpmental delays or abnormalities,
restricted life opportunities for the child, andy some illnesses, anticipation of an early or
painful death. These sources of family stress lsen@e been reiterated in research literature
related to children with chronic, life-limiting cdiions and complex disability. Additionally
the theory has been shown to be a useful theorbtisss for assessing families in primary
care (Tomlinson, 1986; Robinson, 1997), the contexthich most care is provided for
children with life-limiting neurodevelopmental dishties. The theory has previously been
applied as a conceptual framework for explorinddttaod life threatening illness (Brody &
Simmons, 2007) and various aspects of childhoaabdity (Giallo & Gavidia-Payne, 2006;
Van Riper, 2007; Levine, 2009), and is particuladievant to the practice of family nursing
because it emanates from a professional practit&age rather than an academic discipline.

The previous sections of this chapter have predehtebackground to this study, and the
concepts and definitions used throughout. The Beation presents the structure of the

remainder of this thesis.

1.6 Format of Thesis
The remainder of this thesis proceeds as follows.

Chapter Two provides the policy and service costexivhich care is currently provided to
children with life-limiting neurodevelopmental dishties and their families. Policy and
service contexts are explored in advance of theares literature as this study was primarily

driven by policy and practice and subsequentlyrmiad by theory and research.
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Chapter Three provides a critical review of theeegesh literature related to the subject of this
study. Gaps in the current corpus of knowledgedametified, and these are related to the
aims of the study. The literature review is stroetuin accordance with the study’s

theoretical framework.

Chapter Four presents a detailed overview of theenustudy. It includes an account of the
overall mixed methods design used, and the resegiestions to be addressed. The impact
of the theoretical framework on the concepts exggon the study, and the manner in which
this exploration was operationalised, is discusBethlly the ethical principles on which the

study is based are presented and their applicatidiscussed.

Chapters Five, Six and Seven provide details offezific methods used in each stage of
the study namely survey, interview and Delphi mdthd he design, method of data
collection and analysis, and the findings of edelyes are presented independently with
preliminary discussion.

The findings from both phases of the study arggiratted in Chapter Eight with key patterns
across the stages identified and linked back togkearch questions. In this chapter key
patterns are discussed in detail and placed ionah&ext of previous research. The chapter
concludes with a discussion of the overall stremgtid limitations of the study.

Chapter Nine draws conclusions about these findamgsoffers recommendations based

upon these. Future directions for research arepatgmosed.

1.7 Conclusion
This chapter has provided an introduction to theesu study including a definition of the

key terms used throughout. The background andna#dor conducting the study has been
presented, and the aims and objectives of the $tady been described. The theoretical basis
on which the study proceeds is presented. Finladystructure and content of the remainder
of the thesis has been presented.
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Chapter 2: Policy and Service Contexts

Health systems also reflect their societies.
Their development needs to be driven, not only by outcornédytshared values.
They all share the same overall goals: health gain, fairnessgmehsiveness.

W.H.O. (2005)Strengthened Health Systems
W.H.O. Regional Office for Europe, Copenhagen. (p.6)

2.1 Introduction
This chapter explores the policy and service miliewhich care is delivered to children with

life-limiting neurodevelopmental disabilities arfeeir families in Ireland. In the context of
this population of children the links between hegllicy and disability policy are strong. In
addition it is impossible to ignore the internaabdimension of evolving concepts of
children’s palliative care, and the impact this had on the development of national health
policy for these children and their families. Thepter begins with a discussion of some of
the general issues involved in children’s palliatoare, in particular the challenges and
complexity of defining the population from a seevigerspective. The case for adopting a
palliative care approach to children with life-limg neurodevelopmental disabilities and
their families is presented. Finally the structanel policy context of current and proposed
Irish children’s palliative care services will bessclissed. There will also be a brief discussion
of pertinent disability policy and services. Howeguwhe emphasis will be on elucidating the
convergence and divergence between the philosophsrpinning the palliative care and

disability policy areas.

2.2 Children’s Palliative Care

Increasing medical and technological sophisticatias increased the longevity of many
children who would previously have died from corudis associated with prematurity,
congenital abnormalities, and other degeneratinglitions (Goldman, 1998, 2003).
Consequently the number of children living withafic conditions for which there is no
cure, and which require complex and ongoing hezltle over the course of the child’s life,

continues to increase (Brook & Hain, 2008). In doatext children’s palliative care may be
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needed for a wide range of illnesses, which diffem adult diseases, and many of which are
rare and familial (Goldman, 2003). Indeed one efuhique features of children’s palliative
care is the wide spectrum of conditions which nenyder a child in need of such care with
many children requiring palliative care havingii@iting conditions, as opposed to
advanced terminal conditions, with which they magvive for many years (Goldman, 2003;
Brook & Hain; 2008; Hain & Wallace, 2008). A sigicént proportion of these children will
have long-term needs and many live with severedisa in this context while a palliative
care approach is appropriate these children mapea#ssarily require specialist palliative
care services (DOH&C, 2001, 2005, 2010). Palliataee for children and young people
with life-limiting conditions has been defined as
“an active and total approach to care, which engwqthysical, emotional, social and
spiritual elements. It focuses on enhancement alitgjwof life for the child / young
person and support for the family. It includes tenagement of distressing symptoms,
provision of short breaks and care through deathb@neavement” (ACT & RCPCH,
2009:7).

Although children’s palliative care evolved fronetbepecialty of paediatrics its model of care
has evolved from that of traditional adult servidescommon with adult palliative care
services it struggles with definitional and operadl difficulties, not least that of clearly
defining its target population. Finding succinctdaage to describe the breadth and
complexity of children’s palliative care continuespose on ongoing challenge, and the
identification of those children who would best einfrom access to palliative care services,
and the manner in which these children would besdrved, remains somewhat elusive. In
an attempt to address the issue of which childrealdvbenefit from access to palliative care
the English based children’s charity ACT have sjeetifour categories of childhood life-
limiting conditions for which palliative care is pqpriate and beneficial (ACT & RCPCH,
1997, 2003, 2009). This categorisation provideditise common definition of children who
would potentially benefit from palliative care anas been widely referred to in children’s
palliative care literature [Figure 2.1]. In an krisontext, the categorisation was used as a
framework by Quinret al (2005) as the basis of a review of the palliatiaee needs of Irish
children. It has also been adopted by the DOH&QA @ @&s the framework for the national

policy Palliative Care for Children with Life-Limiting Calitions in Ireland.
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Figure 2.1 Categories of Childhood Life Limiting Conditions Which Palliative Care may

be Required
Group 1 Group 3
Life-threatening conditions for which curative Progressive conditions without curative treatmen

treatment may be feasible but can fail. Palliative options, where treatment is exclusively palliative
care may be necessary during periods of prognostamd may commonly extend over many years.
uncertainty and when treatment fails. Examples: Batten’s disease, mucopolysaccharidgsis.
Examples: cancer irreversible organ failures of
heart, liver and kidneys.

Group 2 Group 4
Conditions where there may be long periods of  Conditions with severe neurological disability
intensive treatment aimed at prolonging life and which may cause weakness and susceptibility to
allowing participation in normal childhood health complications, and may deteriorate
activities, but premature death is still possible. unpredictably, but are not usually considered
Examples: cystic fibrosis, muscular dystrophy. progressive.
Examples: severe multiple disabilities, such as
following brain or spinal cord injuries, including
some children with severe cerebral palsy.

However while ACT’s categorisation proves usefuleérms of demarcating the remit of
children’s palliative care certain operational idiiities persist, and its application to clinical
practice is not always straightforward. Nicholl (Z) found that the classification is not
universally used amongst Irish children’s nursesl, suggests that possibly because of its
diagnostic focus, it may not accurately reflect¢benplex nature of the nursing and care
needs of these children. In addition there is thelenge posed by the ambiguity of the
phrases “life-limiting” and “life-threatening” whicwas highlighted in the previous chapter.
While these terms are commonly, and often interghahly, used to describe the spectrum of
children requiring palliative care, research litara has been confounded by the semantics of
whether conditions are life-threatening or lifeilimg. Sutherlanckt al (1994) propose a
straightforward distinction suggesting that a tifeeatening condition is one where there is a
possibility that medical intervention might prowgesessful, whereas life limiting conditions
are those for which there is currently no cure &htth are likely to result in the child dying
prematurely. However, in reality, children may aftescillate between these two definitions.
This is especially true in an acute exacerbatiom dfronic condition where the iliness
trajectory is almost impossible to predict with alggree of accuracy and it can be difficult

to draw a distinction between what constitutegeadrolonging intervention and what is

symptom management (ChIPPS, 2001).
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2.3 Extending Palliative Care to Children with Life -
Limiting Neurodevelopmental Disability
Children with life-limiting neurodevelopmental diskties represent a group of children who

have been identified as potentially benefiting fraatess to palliative care (ACT & RCPCH,
1997, 2003, 2009). As a group they are united by thitimately limited prognosis, and for
many of these children premature death is likdtjpomgh often unpredictable (Eiser, 1993;
Goldman, 1998, 2003). Some children with life-limit neurodevelopmental disability will
have long periods of relatively good health whilleess may require palliative support at an
earlier stage of their disease. Although neurodsrakntal disabilities vary along several
dimensions there is also some commonality, pagrbuln terms of the impact on, and
coping by the family. It is acknowledged, both oatlly and internationally, that there is an
overlap between some of the needs of children M&Himiting conditions and the care that
children with disabilities will require, particulgrwhere such disabilities are likely to lead to
premature death (Quiret al, 2005; Craft & Kileen, 2007; DOH&C, 2010).

The number of children surviving with complex digiéles which require consistent and
complex health care over the course of the chiifss likely to continue to increase as a
result of increasing medical sophistication (CoH&95; Alvarez, 2008). However the
consequences of increased longevity can be oveliBedpfor example, by equating
technologically prolonged survival with indefiniggbrolonged high quality of life. When this
oversimplified view is embraced, unrealistic opsmimay relegate palliative care as
irrelevant or misguided for these children, desghigefact that the prognosis for such
conditions remains ultimately fatal (Birnkrant & Nia, 2008). The sequelae of survival in
these situations are often complex (Hain & Wall&8), and it has been argued that it is
entirely appropriate to call the care required lghschildren “palliative care” since for many
of these children cure of the underlying conditieas never possible (Goldman, 2003;
Lentonet al, 2004; Carter & Leveton , 2004). For these chiidmeedical care frequently
consists largely or exclusively of life-extendirggtapy and of comfort therapy that improves
the child’s quality of life (Goldman, 2003; Lentehal, 2004), and Carter and Leveton
(2004) suggest that access to palliative careuon ghildren can frequently be hampered by
the artificial boundaries that often separate atle care from other forms of medical care,

especially curative care, in children with comple2alth care needs.
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2.4 Background to Palliative Care Policy in Ireland
The past fifteen years have seen the publicati@ansagnificant number of national reports,

plans and strategies which have directly impactedohave significant implications for, the
development of general palliative care servicdsaland (DOH&C, 1994, 1996, 2001,
20014, 2004c, 2005, 2010). The publication of #raisalReport of the National Advisory
Committee on Palliative Car®@OH&C, 2001) has possibly been the most signifiGnd far
reaching of these. This report made several recardat®ns regarding the funding and
delivery of specialist palliative care servicesdzhapon the principles of equity,
accessibility, and the adoption of a coherent amdprehensive national policy framework
for palliative care. The National Advisory Comméten Palliative Care [NACPC]
(DOH&C, 2001:32) differentiate three distinct levelf palliative care and proposed that
palliative care services should be structured tmaxnodate these levels of ascending
specialisation [Figure 2.2].

Figure 2.2Levels of Palliative Care

Level Palliative Care Involves engagement in the principles of palliatbeee, where required, by
1 Approach all health professionals

Level General Palliative Viewed as the intermediate level of expertise, witijagement in palliative
2 Care care being part of the health professional’s caralg but not defining it.

Whose practice involves palliative care as its @mtivity and is directed
towards caring for patients with complex and dentagngalliative care
needs.

Level Specialist
3 Palliative Care

Although primarily focused on adult palliative catlee NACPC also made recommendations
for children’s palliative care. Amongst these wirat “palliative care for children is best
provided at home with the family closely supportgdhe primary care team and a specialist
palliative care team where available” (p.48). Tépart also emphasises the importance of
collaboration and coordination of services for dféh and families emphasising the

requirement for a broad multidisciplinary approach.

The vision for palliative care services presentgthie NACPC was adopted as official
government policy in 2001. Despite this, and thiestantial effort and significant progress
made since its publication, tBaseline Study on the Provision of Hospice / Stistia

Palliative Care Services in IrelangHF, 2006) confirmed marked regional disparities i
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current government spending on palliative careisesvin all care settings. Similarly, in the
specific context of children’s palliative care, kildren’s Palliative Care Needs
AssessmerfDOH&C, 2005) identified several continuing prafig in relation to children’s
palliative care services in Ireland. These inclugsdes of access and equity, unmet
palliative care needs, fragmentation and lack ofise coordination, and a lack of education

and training for healthcare professionals dealirty whildren with life-limiting conditions.

In response to this needs assessment, and infdsyniie NACPC report (DOH&C, 2001),
the DOH&C (2010) published its policy framework fdrildren’s palliative care entitled
Palliative Care for Children with Life-Limiting Calitions — A National PolicyUnderpinned
by the principles of inclusiveness, partnershipnpeehensiveness and flexibility the policy
is aimed at addressing the issues identified im#ezls assessment in order to construct a
palliative care service that is responsive to theds of children and their families. The
policy document explicitly states that

“palliative care services for children should beessible, equitable, flexible and

appropriate, and should meet the needs of any wiiitda life-limiting condition and

their family” (p.6).

Although Palliative Care for Children with Life-Limiting @alitions in Ireland —A National
Policy has been publicly endorsed by the Minister forld@bn (DOH&C, 2010c), neither the

policy itself, nor the Minister’s speech, alludesany timeframe for its implementation.

2.5 International Models of Children’s Palliative C  are
There is no “right way” to provide children’s paliive care and each programme or model of

care should be contextually suited to meet theurees and cultural expectations within its
own locale (Fowler-Kerry, 2006). However the prpies for establishing programmes and
models of children’s palliative care are well etisled (American Academy of Pediatrics
[AAP], 2000; ACT & RCPCH, 2003, 2009; Radbruch &mRa, 2009). In their report on the
development of children’s palliative care programsraad services the AAP (2000)
recommended the following principles by applie@ htroduction of palliative care at the
diagnosis of a life threatening illness, the ediocadf health care providers in pediatric

palliative care principles, and need for increassgarch support. The AAP recommends
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that, regardless of the specific model used, progras should ensure that child and family
preferences are incorporated into treatment ptaars, is seamless across all settings, there is
continuity and consistency of caregivers of muétigisciplines, and caregivers skilled in all
aspects of pediatric palliative care are alwayslabie. Similar principles for developing
children’s palliative care services have been psedan the United Kingdom by ACT and
RCPCH (2003, 2009). ACT suggests that that trukygrated children’s palliative care
services should be based upon a system where saly&rgeted and specialist provision
work together in a coordinated way that enableb hamtal accessibility for support and
management of everyday problems, and access telass specialist services for the
management and care of more complex symptomstewiew of paediatric palliative care in
Europe, Dangel (2002) suggests that home care isitst suitable and recommended model
of palliative care for children. Similarly, the n@orecent recommendations from the
European Association of Palliative Care [EAPC] gisopose that in children’s palliative

care the family home should remain the centre nhgavherever possible, with every family
having access to a multi-disciplinary, holistic giagric palliative care team at home
(Radbruch & Payne, 2009).

At an international level these principles haverbagplied in various models of delivery. In
the USA, Fribert (2009) describes four basic modékervice provision of children’s
palliative care which he suggests can be combiog@adavide a continuum of care for
children with life-limiting illness. These includespital based programmes, free-standing
paediatric hospice facilities, hospice based prognas, and community agency or long-term
care based programmes. Where previously accesdldoen’s palliative care in the USA has
been hampered by strict rules and regulationses@sptember 2010, under Ratient
Protection and Affordable Care Ache requirement for children to have forgone tuea
treatment in order to be eligible for hospice daae been dropped by health insurers

(National Hospice and Palliative Care Organisatifii,0).

While many countries are actively engaged in theeligment of children’s palliative care
services, the United Kingdom had been at the fonefin providing services specifically
designed to attend to the needs of children wighthireatening, life-limiting and terminal
conditions (Quinret al, 2005; DOH&C, 2010). In the U.K. children’s patlize care is
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provided through statutory services such as hesditial services and education and
voluntary services such as hospices and othertahbaiorganisations. Craft and Kileen
(2007) suggest that the voluntary sector, and lifldren’s hospice movement in particular,
have been leaders in the development of childnesllsative care services and have remained
a vital partner in service delivery and innovatewer since. In a review of palliative care
services to children and young people in Englarafit@nd Kileen (2007) report that
children’s palliative care is delivered throughcmbination of specialist and generalist
medical care, community children’s palliative catgsing teams, charities and voluntary
service providers, social care providers, and lvespare. Two forms of hospice care are
described: residential children’s hospices whiabvjle a range of specialist respite care; and
hospice-at-home care, which consists of a multiglisary team who visits the child in their
own home and provides the medical and nursingtb@&yewould receive if they were an in-
patient in a hospice. It is this “hospice-at-homeidel that is the proposed model for the

development of Irish children’s palliative carewsees (DOH&C, 2010).

Models of children’s palliative care may be applkgagularly or in combination, and while
there is little evidence evaluating the efficacychiidren’s service models, adult service
evaluation suggest that there is little robust ena® to support the view that one model of
service delivery is superior to another (Sailsketrgl, 1999; Garcia Perezt al, 2009). It is
acknowledged that, in the context of children’diptiVe care, there is no single care deliver
model that will work for every child or in everytsag (ChIPPS, 2001).

2.6 Irish Model of Children’s Palliative Care

As previously described many international modélshildren’s palliative care provision
exist and the manner of the organisation of palkatare services is heterogeneous.
Currently, while Irish adult specialist palliaticare services are relatively well established
(Ling & O’Siorain, 2005; O'Reilly, 2005; IHF, 2006in contrast children’s palliative care
services are not yet well developed, and palliataee for children has not been well
integrated into the existing national guidelinesdRond & Richardson, 2003; Quiehal,
2005). Attempts are being made to address thiat&tuand, based upon the
recommendations of tHealliative Care Needs Assessment for Childie®@H&C, 2005), the
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first specialist children’s palliative care consults has recently been appointed by the
DOH&C? Additionally the first Irish children’s hospickaura Lynn House, has recently
been completed (although the palliative care neasdessment for children found mixed
reviews amongst respondents and did not identdyptiovision of this service as a priority
(Quinnet al, 2005). This new children’s hospice has eight mudsopened its doors on
September 17 2011. The project has been funded entirely fobarity donations, and
commitment has yet to be received from the DOH&Gwegards to the ongoing

administration of the service.

Presently most children with life-limiting conditie in Ireland are cared for in their homes
and the services provided are generally commumise (O’Reilly, 2005; DOH&C, 2010).
The majority of the day-to-day medical care of thekildren is the responsibility of the
primary care team (General Practitioner and Puidialth Nurse), with support from
voluntary bodies, and in some cases from aduligpa@i care services where needed
(DOH&C, 2005). Despite the fact that it had preiyuoeen recommended that medical and
nursing care should be provided by paediatric ¢é@istaff with the close support of a
specialist palliative care team (DOH&C, 2001),astbeen identified that many of these
health professionals lack the necessary expedisare for children and their families
(Quinnet al, 2005). The overall care of the child is usuahgred with a regional hospital or

one of the country’s three tertiary paediatric hiadp (O’Reilly, 2005).

In its reportA Palliative Care Needs Assessment for Childi2@H&C, 2005) the

Department of Health and Children identified aneuntogneed to develop specialist children’s
palliative care posts to spearhead the establishafieservices and education (medical and
nursing initially), yet such posts have been slowntaterialise. Similarly the identified need
for a ‘key worker’ for each child and family to @vdinate and implement a plan of care,

liaise between the family and all services, and/ipifamilies with a single resource to aid

in the day-to-day management of their child’s illednas largely been unaddressed. Up to this
point the promise of eight specialist “outreach%{san children’s palliative care for children
with life-limiting conditions has resulted in threermanent clinical nurse specialist posts

nationally.

2 This post is being funded by the Irish Hospicertation (a charity organisation) for a period o&fi
years (Finn, 2010).
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Most recently the policy documeRalliative Care for Children with Life-Limiting

Conditions in Ireland —A National Polid{pOH&C, 2010), proposes a strategy for the
further development of children’s palliative caes\sces. Built upon the findings of the
children’s palliative care needs assessment (DOH&ID5) among its recommendations is
that the Health Services Executive [HSE] shouldetlgy an implementation plan, and that a
consultant paediatrician with a special interesthitdren’s palliative care should be
appointed along with regionally based children’s@ach nurses (although this
recommendation was originally proposed by Quenhalfive years earlier). It also proposed
that a national database of children with life-timg conditions be developed and a National
Development Committee for Children’s Palliative €&e established. The policy
recommends that children’s palliative care servatesuld be advanced within the framework
of the “Primary Care Strategy” (DOH&C, 2001a) with emphasis on the development of
community services. It is proposed that, in accocdawith best practice, appropriate
structures are put in place to enable children iifgHimiting conditions gain access to care
at home. These structures are specified as: thpogugpf a key worker; provision of care as
required; timely provision of aids and appliances] a range of flexible respite care
including in-home respite. With a focus firmly camfily-centred careRalliative Care for
Children with Life-Limiting Conditions in IrelandA-National Policyproposes the “Hospice-
at-Home” model for the delivery of children’s pative care services in Ireland (DOH&C,
2010).

While this national policy is to be welcomed aadfic framework for the delivery of
palliative care to children with life-limiting corttns it also contains some caveats.
Explicitly stated is that children’s palliative easervices must be developed “within the
context of services and resources that are availabiggesting that “within the context of
current financial constraints it is necessary teeha phased implementation of this policy”
(p-22). In addition, despite the difficulties offiskéng the terminal phase in these children,
the policy also proposes that the structures arenqlace “with priority given to those
approaching the end of life” (p.13). This focusterminal and end-of-life care may inhibit
easy access to palliative support for the manydoénl whose illness trajectory is uncertain,

and in whom it is difficult to predict the timing the terminal phase.
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2.7 Disability Policy in Ireland

The current service context and future policy digetof children’s palliative care for
children with life-limiting conditions has been dissed. However children with life-limiting
neurodevelopmental disabilities lie at the intetisecof health and disability policy, and the

provision of care to these children and their famsiis influenced by both.

At an international level the past two decades Is@en the models that inform policy
prescriptions for disabled people undergo radibahges based upon the move to a social
model of disability which was critical of the tréidnal medical approach in favour of a more
socio-political approach (Barnes, 2005). The sogylof disability, underpinned by the
social model, has been one of the most signifisaatlectual and political developments of
the recent past (Chappell, 1998). It has transfdrthe meaning of disability at a personal,
intellectual and political level and, in focusing the ways in which disability is socially
constructed, has shifted debates about disahibiy biomedically dominated agendas to
discourses about politics and citizenship (Oliu&90). The social model of disability
separates disability from impairment and attribwlisability to the dominant socio-cultural
environment (Corker, 1998), and in this respeembodies the theoretical basis for
emancipatory politics (Barnes, 2005). Gabel anéi8¢2004) suggest that evidence for the
adoption and influence of the social model aboundisternational declarations and
conventions, in national legislation, in global arpion of Community-Based Rehabilitation
Programmes, in the growing number of Disabilitydss degrees in universities, and in the

push for inclusive education at primary and secondehool levels.

Within this broad political context Irish disabylipolicy and services have been transformed
in the past decade by a combination of new legisiaind the publication of several national
reports, plans and strategies (Government of Icgla899; 2004; 2004b, 2004c; Department
of Justice, Equality & Law Reform, 2004; DOH&C, H)@007). Principle amongst these in
terms of overall impact has been the publicatiothefNational Disability Strategy
(Department of Justice, Equality & Law Reform, 2P8@4d theDisability Act 2005
(Government of Ireland, 2005). As a consequencdbkedfiational Disability Authority Act
[NDA] (Government of Ireland, 1999) the NationakBbility Strategy [NDS] was launched
in 2004.
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The overall aim of the NDS is the promotion andprpof equal participation of people
with disabilities in society. The NDA required thdisability policy and programmes relevant
to the lifecycle framework for people with disatids be progressed through the NDS, with
particular expression being provided through setfgans and other relevant mechanisms.
As an adjunct to this the Comhairle (Amendment) BI04 (Government of Ireland, 2004b)
extended the statutory basis for advocacy throhghritroduction of a personal advocacy
service for people with disabilities, and plansdaspecially appointed Director of this
service. The National Disability Strategy makedistinction between physical and
intellectual disability, nor does it differentidtetween different levels of intellectual
disability. Instead the strategy adopts a genesgition whereby they define disability as
“a substantial restriction in the capacity of tleegwn to carry on a profession, business or
occupation in the State or to participate in sooratultural life in the State by reason of
an enduring physical, sensory, mental health efledtual impairment”. (Government of
Ireland, 2005:6)

Part 2 of the NDA commenced for children underage of 5 years with effect from
01st. June 2007. This part of the NDA establishegstem for the assessment of
individual health service needs occasioned by ibabdity and, where appropriate,

education needs for persons with disabilities @aggr 18 years.

The publication of the National Disability Strategnarked a very significant milestone
for the disability sector in Ireland, and signatled move from a medically driven model
to a social model of care for all individuals wdlsabilities regardless of the nature of the
disability. Underpinning the NDS are the principtésquity, inclusion and a person-
centered approach to policy and service plannimginélividually focused and person-
centered philosophy is implicit in both tRelucation for Persons with Special
Educational Needs A¢Government of Ireland, 2004c:7) which proposes élsaessment
must be “in accordance with the best interestd®fchild” and the Disability Act which
proposes that service plans “be appropriate to theateeds of the applicant concerned”
(Government of Ireland, 2005:11). In addition th@H&C (2007:8) states explicitly that
the assessment of need is “person-centered dhgHs.
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2.8 Intersection of Children’s Palliative Care and

Disability Policy

At a general level there are some commonalitiewdxn the basic tenets of palliative care
and disability services. Both are built aroundftilerum of a fundamental respect for an
individual’'s personhood, and both advance goatesgpect and dignity and promotion of
quality of life. However the manner in which thegmls are pursued, the philosophical
underpinning of the services, and the overall daigon of services, are significantly

different.

Irish legislation and policy has resulted in theelepment of disability services which are
focused specifically upon the individual needshef thild, i.e. “person-centred”. Conversely
children’s palliative care services are orientatadards the needs of the child and the family
as a single unit or “family-centred”. This may beufbtle but important distinction in the
context that there is an overlap between someeoh#eds of children with life-limiting
illnesses and the care that children with disaeditvill require (DOH&C, 2010). Such
differing philosophies and agendas may result inflating goals of care, children and
families falling between services, or in failurenbe@et the needs of the family as a unit where
the child has a combination of disability, compfegdical needs and a life-limited prognosis.
This has been suggested by previous Irish resedradh propose that current models for the
treatment of these children are inadequate, lackdlegjuate support services and integration
into the mainstream of therapy (Redmond & Richand2003; Quinret al, 2005). It would
appear that the provision of effective palliatiagefor these children and their families is
contingent upon overcoming the barriers betwederdint philosophies of care, and the
sharing of expertise between all services involvetthe child’s care so that collaborative

management and integration of all services carcheged.

2.9 Conclusion
As a result of the complex nature of their condaisiochildren with life-limiting

neurodevelopmental disability and their familiesugzy a space at the intersection of health
and social care. The services that these childndrtleeir families receive are heavily
influenced by the policy context of both philosaghof care. This chapter has provided an

overview of the Irish policy and service contextsvhich care is currently delivered to this
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population of children and their families. The deainternational debates and perspectives
which have impacted on the development on thesenatpolicies and service initiatives
have been discussed.
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Chapter 3: Research Literature Review

| have yet to see any problem, however complicated, which, whelogked at it the right way, did
not become still more complicated.

Paul Alderson

New Scientis1969 p.638

3.1 Introduction
This chapter presents a critical review of the aede literature related to the subject area of

the study. The literature review is structuredénadance with the study’s underlying
theoretical framework, Family Stress, Adaptatiod Adljustment Theory (McCubbin &
Patterson 1983a, 1983b; McCubbin & McCubbin, 1998keeping with the study’s
theoretical underpinning the birth of a child wathife-limiting neurodevelopmental

disability is considered the crisis event for thmily. The research literature review focuses
on the post-crisis variables identified in the ttedical framework, with a particular emphasis
on the demand factors associated with crisis esiane this was the main focus of this study.
The review is presented in three main sectionsfitsiesection explores literature related to
the pile-up of family demands; section two expldassilies’ resistance resources with a
particular focus on formal support services asaefdamilial resources; while the final section
explores literature related to family perceptiond #me meaning attributed to the situation.
The literature is critiqued at each stage anckitsvance to the specific population of this
study is discussed, finally gaps and limitationthia literature are identified and these are

related to the aims of the study.

Before the search strategy used to retrieve lileeas described there is a brief discussion of
some issues that arose relative to the use oftetagy as it applies to the study’s
population. The complexity and ambiguity surrourdine terminology applied to children
with life-limiting neurodevelopmental disability oessitated the application of a relatively

broad range of search terms when reviewing theatitiee.
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3.2 Terminology and the Selection of Studies forth e

Current Review
Developing systems to serve children with life-timg neurodevelopmental disabilities and

their families needs a clear definition of the plagion to be served. However this is not
always clear in the research literature which j@ate with a wide range of terminology used
in reference to children with life-limiting conditns. Not only are various, and often
undefined, terms used to describe these childrgrthle terms themselves are often used
interchangeably and appear to change regularlg i§bue has been a topic of debate in the
literature, particularly in relation to the bensfitnd drawbacks of collective versus specific
terminology. It has been suggested that broadraidsive collective terminology (for
example “life-limiting illness” and “complex needdienefits the relatively small number of
children affected by specific conditions but whgether often face similar hurdles and
restrictions in their lives (Eiser, 1993, Hornb995). Similarly Closs (1999) suggests that
diagnostic approaches may risk pathologising andjmalising children if their use is
extended beyond the medical field, and Stein atve1Sj2002) report substantial overlap in
the numbers and characteristics of the childremitom different non-categorical conceptual
definitions apply.

However, it also been demonstrated that suchatoléecategorisation includes a
heterogeneous group of children, whose health tondimanifest along a continuum
characterised by increasing complexity, levels tgpés of limitations, the presence of co-
morbidities, and the need for specific types ofltheservices (Newacheck & Taylor, 1992;
Steinet al, 1993; Stein, Westbrook, & Bauman, 1997; Newacl&élalfon, 1998; Neffet
al, 2002). Sutherlandt al (1994) and Nicholl (2007), whilst not advocatihg tuse of
diagnostic labelling, propose that the range ofefinéd terminology in the literature may
result in confusion and poor understanding by Ipotividers and users of health services.
Similarly Bramlettet al (2009) suggests that the heterogeneity of colle¢grminology can
present a challenge for developing systems oftteateare appropriately responsive to the
need of individual groups of children.

The lack of agreement regarding the definitions tanchinology associated with childhood

life-limiting conditions makes identifying any sp&c sub-population of children a
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complicated task, and posed a considerable challengonducting the literature review for
this study. Although individual diagnostic labelsn& not used to recruit participants to the
study, the general term “life-limiting neurodevetepntal disability” does represent a loosely
circumscribed diagnostic group of children, all@ettiagnostic group that is not specifically
identified in the research literature. This makesfining and reporting literature related only
to these children as a distinct, individual andcgpegroup almost impossible. Nevertheless
when examining the inclusion criteria or the dgstavn of the samples used in many research
studies related to life-limiting childhood conditi®it is apparent that these children
frequently form a small subsample of many of thegas used. Consequently the literature
for this study was reviewed in the context of thelusion criteria applied to participants. The
sample of children in this study had two primarqietteristics: a neurodevelopmental
disability, and a limited life expectancy as a @mnsznce of this complex disability (this was
the primary ground on which participants were rged). However, because of the
difficulties encountered with service providers wltke term “life-limited” was used in
conjunction with these children, it was requiredtithis be evidenced using specific criteria.
These inclusion criteria are described in deta€vapter Four, they broadly included: having
a known diagnosis associated with a life-limitedgmosis, having ongoing complex medical
needs such as a dependence on medical intervamassociated technology, or the

presence of complex symptoms that were difficuttdatrol.

In this context all of the inclusion criteria fdret study were considered when conducting the
research literature review. Literature relatedtibdcen with general life-limiting illnesses
was considered relevant on the basis that theantibst issues involved in the care of the
care of life-limited children should not be draatig different regardless of diagnostic
categorisation, and the fact that it is widely gted that an overlap exists between the care
required by children with a life-limiting illnessd that required by children with life-

limiting disabilities (DOH&C, 2005, 2009). Therens universally agreed definition of the
term “complex health need” subsequently the tersndiso been variously used in research
literature to describe different populations (Noédral, 2005; Condliffe, 2006; Watson,
Abbott & Townsley, 2006). Stalket al (2003) suggest that children who are described as
having complex and continuing healthcare needsfaee dependent on some form of

medical technology, or require regular and unptalie drug administration, or have
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difficult to manage symptoms. This term is a teragtiently applied to the children who this
study investigated; subsequently this literature alao reviewed in the context of this study.
Other studies identify children who are dependentechnology as a distinct population
consequently this literature was also included smiformed part of the inclusion criteria for
the study. Research literature related to neurddpreental disability was also reviewed as

this was the second element of the child’s diagnosi

The basic assumption underlying the research fitexraeview was that, whatever the origin
of the child’s condition, and regardless of thegdiasis or nature of this condition, the
challenges confronting children with any life-litng conditions and their families are
multiple, complex, specific and often overlappiBgwvis and Brosco (2007) suggest that all
definitions of child health and categorisation bildhood illnesses are essential contextual
and that flexibility is critical for researcherstivia specific goal and limited access to certain
samples or populations. The issue, they sugges$iaisesearchers be clear about which
classification scheme was used, and the implicatidrthis for the study findings. Although
a relatively broad range of research literature rgagewed for this study all of the studies
reviewed involved children with life-limiting disdlbies or complex medical needs amongst
the samples. However the inclusion of such a braade of literature makes it difficult to be
certain about how the research findings relateipalty to the children and families with
which this study is concerned. An added difficwigh the research literature was the
inclusion of a broad range of children’s ages mniajority of study samples. Again, this
raises a question about the generalisability ofitieings to any specific age group of
children as the degree to which findings are infezl by the inclusion of children of all

developmental ages cannot be known.

3.3 Search Strategy

A systematic search of the published literature wadertaken in advance of conducting this
study with periodic reassessment over the full sewf the study from 2008 to 2011. The
search used electronic databases including Cumellitdex of Nursing and Allied Health
Literature [CINAHL], ChildData, Cochrane Librarygdlth Source Nursing, Medline,
Proquest, Blackwell, PsychArticles, ScienceDiréaerNurse and Synergie. The database

Dissertation Abstracts was used to identify un@hitdd theses in the area, and major texts
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and policy documents from the Irish government, f@&iwof Europe and World Health
Organisation were searched. Literature from volyntaganisations including Association

for Children with Life-Limiting or Terminal Conditins and their Families [ACT], Irish
Association for Palliative Care [IAPC], Irish Hospi Foundation [IHF] were located and
reviewed as were official Government publicatioslevant palliative care, children with life-
limiting illnesses, and children with disabiliti€Search engines such as Google Scholar and

PaedPalLit were also used.

Searches were made using appropriate databasetsubgelings. In association with the
terms “child” and “children”, the initial keyword$fe-limiting”, life-threatening” and
“neurodevelopmental disability” were used. In tloatext of the difficulties associated with
terminology other key related terms such as “comfiealthcare) need”, “technology
dependence”, and “medically fragile” were also usedssociation with the keywords.
Searches made use of broader terms, narrower tBonkan operators (and, or) and
truncated terms. Available scholarly book literaturas also reviewed. No date parameters
were applied to the literature at the outset alifmowrhere possible the focus was on literature
published from 2005-2011. The search was confindthglish language material only.

3.4 Prevalence of Childhood Life-Limiting Condition S
and Disability

There is an increasing number of children livinghwihronic conditions, for which there is
no cure, and which require complex and ongoingthezre over the course of the child’s
life (Goldman 1998, 2003). Similarly more childnerth life-limiting complex disabilities

and technology dependency are living for longerhse there is more that can, and is
expected, to be done for them (Craft, 2004). Beybedact that this is a growing population
there is relatively little research on the morlyidikperienced by this group of children, and
robust empirical data on the prevalence of childvéh life-limiting conditions is largely

lacking.
The epidemiology of childhood deaths has radicaligred over the last century (Feudtner,
2000; Himelsteiret al, 2004). In the developed world a substantial nunobehildren die

from chronic life-limiting disorders and conditigrisequently present and diagnosed at birth
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(Feudtner, 2000; Davis & Higginson, 2002; Ralling&Moules, 2004). International
estimates for the number of children living witfeHimiting conditions are variable. Roughly
similar figures are reported for the USA, 10 pej0DO children (Institute of Medicine, 2002;
Hynsonet al, 2003) and the U.K, 12 per 10,000 children (Lergbal, 2001), although Hain
(2005) reports a higher figure of 3.75 / 10,000\éales. In an Irish context, Quirat al

(2005) used a combination of the prevalence figines the United Kingdom (ACT, 2003),
the ICD-10 classification of diseases (WHO, 20@Mbined with population data from the
CSO, to propose an estimated national prevalen&e360 children living with life-limiting
conditions, and a mean mortality rate of 370 pewam in Ireland between 1996-2001.
However they also suggest that the figures beedeatth caution as they are based upon the
assumption that the U.K and Irish prevalence figune similar. The latest information
provided by the Central Statistics Office for 20034 shows that there has been a decrease
in the number of childhood deaths from all causéslst the number of deaths from life-
limiting conditions remains almost static at 3.5 p@,000. Information also indicates the
majority of childhood deaths continue to occurhia first year of life (DOH&C, 2008c).
However, in reality, the absence of agreed defingiand accurate statistics means that the
exact number of children, or the magnitude of theied, remains at best a rough guess.

There were 2,800 children (0-17 years) registesgdbaing medical needs on the National
Intellectual Disability Database [NIDD] in 2009 (Ke Craig & Kelly, 2010), of which 40%
were under 6 years of age (n=1121). It is not jpbsso identify the complexity of medical
need these children experience since childrenategorised only according to whether or
not a medical need exists. One of the limitatiohitie NIDD database is its failure to
account for the tremendous variability in termshef type and severity of medical need and
the subsequent requirement for, and use of, heafthservices. However, it is likely that
children with life-limiting disability are likelyd form only a small, but significant, subset of
the population of children registered on the NID@abase. Although there is no robust data
upon which to base this claim it is consistent it findings of Quinret al (2005) who
reported very limited primary care experience (&ahPractitioners and Public Health

Nurses) of children with severe neurological digbi
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3.5 Demands and Risk Factors for Family Adjustment:
aA Factors
There is a considerable body of knowledge supppthe notion that caregiver stress is a

common phenomenon among families caring for childvéh life-limiting conditions and
complex needs (Thyest al, 1998; Baxter, Cummins, & Yiolitis, 2000; Weis§2;
Saloviitaet al, 2003; Singer, 2006; Reichman, Coman, & Noonaf82Miodrag & Hodapp,
2010). According to Family Stress, Adaptation amjustment Theory (McCubbin &
Patterson 1983a, 1983b; McCubbin & McCubbin, 1988)ily outcomes related to the
impact of this stress are the result of a multituderconnected factors associated with the
stressor and its related hardships. This sectidheofesearch literature review explores
issues associated with the risk factors for farmdjustment and adaptation, namely the “pile-
up of demands” associated with providing ongoing c@hese include: the morbidity
experienced by the child and the nature of the wor&lved in providing ongoing care,
which provides an indication of the stressor asdédéverity; and the family impact of care

provision which relates to the associated hardstapse by the crisis.

3.5.1 Morbidity Experienced by Children with Life-L  imiting
Conditions
Possibly as a consequence of the relatively snuatiber, and wide variety of life-limiting

illnesses, there is relatively little researchratere exploring the specific morbidity
experienced by children with life-limiting conditie. Despite a comprehensive assessment of
the palliative care needs of children with life-liimg conditions in Ireland Quinat al (2005)

did not elicit data on the specific health statuproblems experienced by the children
involved in their study, nor did Redmond and Ridsan’s earlier Irish study (2003) which

explored young children with severe / profound Hiedlimiting complex disabilities.

The only study to specifically and directly asségsphysical morbidity experienced by
children with life-limiting conditions was conduct®y Lentoret alin 2001. These
researchers used a cross-sectional survey to deteprevalence and associated morbidity
of non-malignant childhood life-limiting conditions children aged 0 — 19 years, in one
health district in the United Kingdom. Consideratmerbidity amongst the sample of 93

children was reported including mobility, sensaggnitive and communication difficulties,
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feeding and sleep disorders. Additional 59% ofdhiédren in the sample experienced pain
or severe discomfort that was not being effectivelgtrolled. The degree of disability and
range of problems exhibited by the children indédaltigh levels of medical, nursing and
psychological needs. When contrasted with childvéh malignant life-threatening iliness,
Lentonet al (2001) concluded that children with non-malignifietlimiting conditions
generally have a poorer outlook, both living longed with greater levels of disability. This
study was the first and indeed only attempt to ¢gfatine health problems associated with
childhood life-limiting illness. The researcher adistered survey had many strengths not
least the fact that the inclusion criteria werediedefined and the probability of death
related to the child’s condition was explicitly tgd. Perhaps the major limitation of the
study, in terns of practice and policy, was itéui@ to comprehensively address the issue of
symptom management in the sample of children. Tasgmce of a symptom or problem
does not necessarily imply that it is not well coled or managed. Its relevance to this
study included the incorporation of children wilfledlimiting complex disabilities amongst
the sample. Although the age range of childrennwvash broader than in this study this is
unlikely to affect symptomatology. However, Lenteiral’s study (2001) excluded seven
children who died before the assessment, and elglairen whose families were considered
too distressed during the terminal phase of tHelds illness. The study therefore described
the chronic symptoms experienced by children wigilimiting conditions rather than those
experienced in the terminal stage of the childsdition, and it is not possible to ascertain
whether symptom profile escalated, or changed fstginitly, in the terminal stage of the

child’s condition.

In the absence of direct empirical evidence abmeintorbidity and needs of children with
life-limiting conditions, Donnellyet al (2005) used a concept mapping exercise with 50
health professionals from a variety of practiceigisnes in the USA to develop a seven-
cluster concept map of children’s needs. This vesanfined to physical morbidity and the
final model included clusters of needs relatedaim pdecision making, medical system
access and quality, dignity and respect, familgmmed care, spirituality, and psychosocial
issues. However, all members of this study werdigaofessionals associated with the
provision of palliative care, or advisors to pdliia care committees. It is therefore probable

that their perception was based upon their pradessiexperience i.e. children involved with
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palliative care services. This does not repredensituation for the children in this study
who are involved with a range of statutory and atdwy services. Indeed Donnedy al

(2005) represent only a particular professionagjpective related to a particular group of
children. It is difficult to extrapolate the findjs to children and families not in receipt of
palliative care service since there were no chilanefamilies involved in the development of

this model of need.

Despite consistent calls for access to palliatame services (WHO, 2002; CoE, 2003; ACT
& RCPCH, 2003, 2003b, 2009), research literatuleed to the actual morbidity
experienced by children with life-limiting conditie is largely lacking (in contrast with the
morbidity experienced by the families of these atah). However, despite this lack of direct
investigation, there are studies of the naturdefwork involved in caring for these children
which may provide a more oblique indicator of tiddren’s morbidity.

3.5.2 The Nature and Management of the Child’s Care
Although the number of children with life-limitingnd complex disabilities is small relative

to the number of children with general disabilitidee medical, physical, social and
emotional care of these children involves proposity more time, physical and financial
resources (Campbell, 2007). The overall survived cd children with life-limiting conditions
and complex life-limiting disabilities is increagifDOH&C, 2005; 2009) and this is in
keeping with international trends and projectioflygrez, 2008). In an Irish context most of
these children are cared for at home and the s=yimvided are community based
(O’Reilly, 2005; DOH&C, 2010). Caring at home fochild with any chronic condition
requires both cognitive and physical work on the paparents, who face many adaptive
tasks in the course of their ongoing care work.séhaclude: expertise in managing
symptoms, adapting their environment, adjusting tife-style, meeting the needs of other
family members, coping with ongoing stress andqukeicrises, and establishing a support
system (Canam, 1993; Balling & McCubbin, 2001).

Children with life-limiting, life-threatening contibns or complex disability often require
specialised medical and technical care that wowderasually be delivered by trained health
professionals (Redmond & Richardson, 2003; Qeihal, 2005). The physical workload can
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be relentless, with parents frequently requiredssume the responsibilities of a professional
nurse but without entitlement to a day off (Glemdiny & Kirk, 2000, Wang & Bernard,
2004). In addition these children are more vulnkerad acute illnesses, often requiring
frequent hospitalisations for both acute illness exacerbation of their chronic condition
(Burkeet al, 1989, Canam, 1993; Bermahal, 2005). Children with non-malignant life-
limiting illnesses are also subject to frequeniltaons in their condition making the
trajectory of their iliness difficult to predict W any certainty (Brook & Hain, 2008). Despite
this, there has been relatively little researchentadken in terms of quantifying the work or
time involved in caring for a child with a life-litmg condition or complex medical needs at
home. Chase and Rogers (2001) suggest this issegoence of the perception that women'’s
care work continues to be constructed as essgraigltivate issue located within the

domestic sphere of the home.

Two studies have attempted to quantify the caretiamel costs of caring for a severely
disabled child, both of which were undertaken i thK. Roberts and Lawton (2001)
conducted a review and analysis of the quantitageerds of 40,500 families of severely
disabled children in an attempt describe the sjpecdire and extra attention parents provide.
The data on 4,500 infants (<1 yr.) and 35,000 chiiq1-16 yr.) were reviewed. In the 1-16
yr. age group, on average each child needed eatteavaith six activities. In the infant group,
while all infants obviously required total careyseely disabled infants required additional
care. The majority of infants had extra care nesdsciated with every daily activity.
Requirements for extra care around feeding andhguhe night were particularly common.
Qualitative data was particularly helpful in idéyitng the nature and cause of the extra care
required: for example extra care associated wilifeg could be due to the need for extra
feeds, tube feeds, and swallowing difficulties wheould be particularly time-consuming
and entail a risk of choking. Other parents rembttat their infant could not be left alone,
even for a few minutes, because of the dangetsbfichoking. Virtually all needed extra

care during the night because of the potentiahfedical crises.
The groups were combined to estimate that, on geeeach severely disabled child needed

extra care in six areas of daily life when compated non-disabled child. Nine out of ten
infants and four out of ten children had recurmaetlical crises. The sample also included
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660 children who were technology dependent. Thhsdren had additional care needs
beyond those of other children in the sample inoly@xtra general care needs, overnight
care needs, and more medical crises. On average thddren needed extra help with seven
areas of daily life and additional specialised @ssociated with their medical technology.
The generalisability of this study to young childngith life-limiting neurodevelopmental
disabilities is limited by the fact that the samigl@ot well described, with the term “severely
disabled” applied as a catch-all for a variety lofonic physical and intellectual disabilities
and life-limiting conditions including cancer, hedisease and lung disease. The analysis of
infants separate from other children provides sorsight into the difficulties experienced by
younger children, although why only two age clasations were considered relevant
(infants and all other children) is not clear, amakes it impossible to establish whether the
child’s needs changed with developmental stagepiethese limitations, Roberts and
Lawton’s study (2001) included children with lifieaiting neurodevelopmental disabilities
amongst its sample. In addition the segregatidnfafts from older children, and the
different patterns of need described, suggestsythatger children may have additional, or

more complex, needs.

A second study, also undertaken in the U.K, focusethe time costs of caring for a severely
disabled child. Curraat al (2001) conducted a comparative analysis of pamariag for
children with severe disabilities (n=16) comparathyarents caring for normally

developing children (n=31). This study reporteat items of personal care were
significantly different in the group of childrentiidisabilities than in the non-disabled
group. In addition, at lease one third of the fasilbf a child with a disability had to attend
to the child’s care at least once during the nightontrast to Roberts and Lawton’s study
(2001) the higher frequency of personal care itdiisot decrease with increasing age but
was associated with level of disability as measimethe Functional Disability Score
although the difference in classification of didipbetween the two studies may account for
this finding. Curraret als study (2001) did not make reference to the fpaeents of

children with severe disabilities spend attendipgantments, accessing and dealing with
services, or providing therapeutic interventionstfeir child. This may imply that the

findings in fact underestimate the actual time €a$tcare provision for these parents. The
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fact that the sample of children with severe digads ranged in age from 3-17 years limits

the generalisability of the findings to the currstudy.

The nature of the work involved in caring for aldhwith a life-limiting condition has

received considerable attention from a qualitapeespective, where studies describe
consistent patterns and trends. Similar to quadivanvestigations these studies suggest that
the work involved in caring for such children issalerable. They also report that while
parents often needed help to alleviate the impiitteir caregiving this was not always

available in a useful manner.

Parents in Steele and Davies’s (2006) groundedyistody of eight families caring for
children with a neurodegenerative life-threateniimgss, describe care that is constant and
unrelenting. The children in this study requiredec24 hours a day, seven days a week.
Steele (2005) suggests that care becomes incrgasormgplex as the child’s condition
changes or deteriorates. In qualitative interviesith seven mothers of children with a wide
range of disabilities Green (2007a) reports thathers describe their experience of
providing care as both time consuming and physieathausting. Redmond and Richardson
(2003) describe how the nineteen mothers in thedyshad acquired quite sophisticated
skills in the areas of nursing and physiotherapgrater to care for their young severely /
profoundly and life-limited disabled child. Similandings were reported by Kirk and
Glendinning (2002, 2004) who reported that, indag-to-day management of care, the
parents of the 24 technology dependent childregheir study performed highly technical
clinical procedures which in hospital would be ddased the domain of professionals. Kirk
and Glendinning (2002) propose that the level, derify and intensity of the nursing care
which these parents provide is distinctive, and gem apart from all other parents. In
addition to the actual hands-on care providedctmstant vigilance required by the child is
exhausting for parents and siblings (O'Brien, 20®ele & Davies, 2006; Nicholl, 2008).
Both Nicholl (2008) and Manaseri (2008) highlightadditional feature of the work and
expertise involved in caring for a child with coraplmedical needs. Nicholl's (2008)
phenomenological investigation of 17 mothers dessrthe “pre-emptive” aspect of caring
for children with complex needs, whereby not ordyndothers need to be able to respond to
the child’s current needs, but they need to be tabdaticipate and act to prevent any
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potential crises. Additionally, in a grounded thestudy of 18 mothers Manaseri (2008)
describes how mothers not only need to understadgeovide the complex medical
routines and procedures involved in the care of teld, but also need to be able to temper

this knowledge and adapt it to what is “normal” fleeir own child.

These studies are subject to the limitations ofsangll scale study in terms of sample size,
with participants purposefully selected throughviser providers or support groups. This may
suggest that the findings represent a particulpujadion of parents which may not be
generalisable to all families in similar situatioAs the studies were descriptive in nature
they did not attempt to provide any measure ofcre work undertaken by parents.
However, the findings of qualitative exploratiorfdfte nature of the care provided to
children with life-limiting conditions or complexedical needs are consistent in describing a

considerable burden of work for parents.

In summary, findings from quantitative assessmehtle practical burden involved in
caring for a child with a severe disability are sistent in terms of reporting the significant
extra care needs that such children require, anéatdt that this also involved night-time
care. However, although Roberts and Lawton’s (26@#)ngs suggest that this care
requirement diminishes with age, conversely Cuetaal (2001) suggest that this is not the
case, and that the higher frequency of care itatheat decrease with age but was instead
associated with the child’s level of disabilityidtlikely that the different definitions of
disability between the two studies accounted far discrepancy. Both of these accounts
inform the current study in the context that bettiuded amongst their samples children
with severe neurodevelopmental disabilities, somehmm were dependent on various
forms of medical technology. They did not howemaus specifically on children with life-
limiting neurodevelopmental disabilities, nor wénese studies focused on a particular age
group of children. In this context the degree taahtthese findings can be generalised to the

population of children in this study is unclear.
With the exception of Redmond and Richardson’sys{@003) qualitative investigations of

the care required by children with life-limitingreditions were not specifically focused on
children with neurodevelopmental disabilities, mwolved a wide variety of children with
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life-limiting conditions, complex disabilities, a@hildren dependent on medical technology.
In addition, the inclusion of a broad range of ggaups in many samples potentially limits
the extent to which the findings can be appliedrtg specific age group of children.
However overall, studies exploring the nature efwork involved in caring for a child with
a life-limiting condition or severe and complex nedevelopmental disability are consistent,
and suggest that the complex nature of the worslu@a in caring for these children requires
skills of vigilant assessing, interpreting, andragn the child’s conditions all in the context
of knowing that a miscalculation could have sigrafit consequences for the child. The
consistency of these finding across many studis, tuantitative and qualitative, adds
weight to the body of evidence suggesting thattre these children require is persistent,
complex, highly skilled, and highly burdensomeadtidition, the consistency of the findings,
across many samples and regardless of the nattine ohild’s condition, suggests that

similar difficulties are encountered across diagieasategorisations.

3.5.3 Balancing and Structuring Family Life
Since most of the care provided for children wité-limiting conditions or complex life-

limiting disability occurs in the child’'s home, aag for such children clearly has
implications beyond the child and the care provideatents are faced with emotional,
physical, social and financial impacts on theieiyand expend considerable psychological
and physical energy as they attend to the cogretncepractical aspects of caregiving.
Caregiving demands affect all facets of family [ifdexanderet al, 2002), which is
characterised by frequent change and unpredidiaf@Brien, 2001). Using a cross-
sectional survey and follow up interviews with #ulturally different groups of self-
selected mothers McConkey al (2008) report increased levels of poor materngtiaal

and psychological health, increased child-relatszks particularly associated with

pessimism about the future, and poorer family fiomcthat are consistent across cultures.

Care for a child with a life-limiting or complex mieal condition or who is assisted by
medical technology can be considered a chronissreor the family (Thyeet al, 1998;
Miodrag & Hodapp, 2010). Parents struggle with earal strain, the physical and
psychological dependence of the child, the impadamily relationship, and the feeling that
there was “no free choice” in the matter (Carneeala, 2006; Nicholl, 2008). Similarly
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families of children with developmental disabiléye at risk of having higher levels of stress
in comparison to families of typically developiniildren (Singer, 2006; Weiss, 2002), with
Baxteret al (2000) reporting that the stress experienced byliizs with a child with a
developmental disability was twice that experieniegdamilies without a disabled child. The
impact on parents of having a child with a compléesability is pervasive and
multidimensional and similarly can impact on allmigers of the family unit and affect all
aspects of family functioning (Reichmanal, 2008). The goals for any family living with a
child with a complex or life-limiting condition atependent on medical technology are
targeted to achieve some degree of stability soapi@mum child and family development
can be maintained, and to gain control over fatifdy(O’Brien, 2001; Alexandeet al,

2002; Steele & Davies, 2006; Carnevalal 2006), however achieving this stability and

managing daily family life in this context repretea constant challenge.

In a qualitative study of 15 purposefully selectaahilies of children, aged 3- 12 years who
were technology dependent, O’'Brien (2001) descrfaeadly life as characterised by a
constantly changing balance and the need for théyfdo continuously restructure. This was
associated with areas of child health status, sdbe@nd routines and family roles and
responsibilities. O'Brien (2001:13) describes tmgential for frequent and unpredictable
change as “living in a house of cards”, suggedtiag this state of constant unpredictability
and uncertainty and limited parental control cdnites to families perceptions of the

fragility and instability of their lives. Areas challenge, growth and change identified by
families in this study included: the dimensionsmaking sense of family life, managing

daily life with technology dependence, maintainenfynctioning family, and negotiating

with outside entities. The families in this studgre purposefully selected through health
care agencies, social care agencies and parerarsgopups, and thus represented a specific
section of parents. Although all parents had beemg for their child at home for a period of
at least one year, the range of technologies onhathie child was dependent was vast,
ranging from gastrostomy feeds to ventilator depewd. The nature of the study makes it
impossible to determine whether the experienceditf amongst families’ related to the
complexity of the child’s technology dependencewideer the study was relevant to the
population in the current study in the context tleahnology dependence was identified as an

inclusion criteria in the current study.
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Similar findings were reported by Alexandsdral (2002) in a grounded theory study of 5
families caring for a child who was dependent aht®logy. In contrast with O’'Brien’s
(2001) study, all of the children in this study eeentilator dependent at home. The children
in this study ranged in age from 8 — 16 years. Ateleret al (2002:7) report a central theme
of “struggling daily” as characteristic of the exigace of family life in the context of child
technology dependence as mothers described stngggliconstantly re-organise in the face
of constant unpredictability and uncertainty. Thdestinct dimensions of the struggle were
identified: getting over the hump, described astiost difficult and overwhelming process
and families learn to care for the child and martage family situation; starting to breathe,

a period of relative stability when families havamaged to successfully negotiate the
challenges; and dealing with a subsequent eventhwhasulted in the family the family
having to manage the situation with renewed intgnsiexanderet al (2002) report that
families experiences appear to be profoundly imfaesl by three intervening conditions: the
accessibility and availability of formal resourct® involvement of family and friends, and
the family’s socioeconomic status. However thisnales made without discussion in the

main body of the research and in the absence giostipg interview text from the couples
involved in the study. Although the relevance oéxdnderet als (2002) study to the target
population for this study lies in the technologpdedence of the children, beyond this fact
the samples are significantly different in both agege and type of technologies used. In this
respect it is not clear well the findings of thedst can be generalised to the population of

interest in the current study.

Steele and Davies (2006) report findings from aigded theory study of eight families
caring at home for a child with a neurodegenerdifedimiting condition. Unlike the
previous two studies there is no description ofdhiédren in this study beyond their
diagnostic category. These authors propose a nebdeavigating uncharted territory” to
describe the journeys that families caring forthiés-limited child undertake (Steele &
Davies, 2006:576). The model describes four maimedsions within this process: entering
unfamiliar territory, shifting priorities, creatingeaning, and holding the fort. The authors
describe how all aspects of the process are pethagthe significant physical, cognitive
and emotional work that parents undertake in tine o&their child. However unlike O’Brien
(2001) and Alexandest al (2002), Steele and Davies (2006) also reportghsgnts
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described positive aspects of caring for theirccHilespite this observation there is little
comment or explanations of this aspect of carbenstudy. Since there is little description of
the children in this study’s sample the degreelechvit can inform the current study is not
clear. Its relevance lies in the fact that allle# thildren in the study had a diagnosed life-
limiting illness. Similar findings are reported Barnevaleet al (2006) in the context of
children assisted by technology. In an interpre¢atjualitative study of 12 families these
authors describe the process of living with a Vatar-dependent child as “daily living with
distress and enrichment” (p.48). Like the paremiSteele and Davies study (2006) the
families in this study also described deep enriaitraed rewarding experiences that they
could not imagine living without. However this ocswagainst a backdrop of overwhelming
and stressful parental responsibility and the fgelhat there was really no “free choice” in

the matter.

Rodriguez and King (2009) used a hermeneutic phenoingical approach to explore ten
mothers lived experience of providing care for ddciith a life-limiting condition in the
United Kingdom, describing six continuing constitteeof the mothers’ lived experience:
inner drive, feeling responsible, psychologicaéets, threatened self-image, social
withdrawal, and fear of reaching the bottom linenifr to previous studies mothers in this
study described lives where they never stoppedigand continually running from one task
to the next and felt responsible for everyone amghing. Rodriguez and King (2009)
describe several aspects of psychological disinetb&e mothers in this study, reporting
frustration, anxiety, insomnia, and feelings okla¢ control. They also describe how
mothers had their energy drained by the constamygle with the health system to get what
they needed and suffered threatened self-imagsauidl withdrawal as a consequence of
caring for their child. The final theme describadhis study, fear of reaching the bottom
line, described how in various ways all parentglifi¢rent times, had almost reached the
point of emotional breakdown in situations whengeinpain and fight had gotten so severe.
Unlike the studies by Steele and Davies (2006)@awhevalest al (2006) there is little
account in this study of a positive dimension ts #ituation beyond the comment that
mothers appeared to achieve a sense of satisfdaimrtheir inner drive to provide care.
This study used the small sample congruent withréeearch approach; however the mothers

were selected through their acquaintance with titlecat in the context of a larger evaluation
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study. It is not clear why these particular motheese chosen over others involved in the

larger study, and the impact of this has impliaagiéor the findings of the study.

In summary, although there were variations in theysdesigns and approaches used, studies
exploring the nature of family life when a childsha life-limiting condition or technology
dependence suggest that supporting and caringdactild at home makes the management
and the maintenance of family life a constant @mgle. Children with complex medical
needs require an extraordinary quantity and quafigare, which demands careful
orchestration and places considerable demandsrentpaStudies suggest that family life is
characterised by uncertainty and constant stru@gjierien, 2001: Alexandeet al, 2002;
Steele & Davies, 2006; Carnevateal, 2006; Nicholl, 2008; Rodriguez & King, 2009) and
feelings of both lack of control and lack of cho{décholl, 2008; Rodriguez & King, 2009),
although some studies report a positive dimengidarnily life (Steele & Davies, 2006;
Carnevaleet al, 2006). In keeping with the nature of the phenametudies exploring the
experience of family life are small scale studismg purposefully selected samples, and as
such are subject to questions about the scope@msferability of the findings. In addition
the age range of the children in the studies waadyrwhich make it difficult to account for
the impact of the different developmental stagethefchild and limits the generalisability of
the findings to the population in the current studythe case of O’Brien’s study (2001) a
considerable range of technologies were includeidiwivould suggest considerable
variations in the children’s conditions. Howevessgite the various samples and limitations,
findings are consistent across qualitative invesitigns suggesting that, while there may be
differences in how the process unfolds for famjlfesilies share a common experience
regardless of the nature of the child’s conditiotype of technology used. Similar to studies
describing the nature of the work involved in cgriar a child with a life-limiting condition

or disability, the inclusion of a broad range oéagoups in many samples potentially limits
the extent to which the findings can be appliethtospecific age group in this study, and the
nature of the children’s conditions may limit thengralisability of the findings to children

specifically with life-limiting neurodevelopmentdisabilities.
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3.5.4 Impact on the Family Home
Caring for a child with complex health care needpact not only on the nature of family life

and the people involved in the provision of carg,diso on the very environment in which
this care is delivered. Children with complex hieaire needs typically require technical and
/ or medical equipment in the home, both becauslesif need for intensive ongoing care
and to compensate for the loss of a vital bodihction (Watsoret al, 2002). Home-based
care for children with complex needs involved batless of privacy for families, and the
loss of family space as the equipment and suppéesssary for the child’s care consumes
shared living environments. Privacy, safety, comémd control remain valued features of
home. Dycket al (2005) suggest that the home is reconstructedgallys socially and
symbolically and its primary meaning is contestdetwit becomes a site for regular long-
term healthcare and associated services provideditsyde paid workers. They suggest a
blurring of the “private” and “public” space as theme is reconstructed as a space of
caregiving and consumption. Similarly Wang and Bedn(2004) suggest that the intrusion
of medical technology into the home has socialethétal consequences as it fundamentally
alters the traditional meaning of “home”. There hasn no research conducted on this
aspect of family life when a child has a disabiétyd little empirical research on this aspect
of caring for a child with a life-limiting conditroor technology-dependence beyond a
cursory mention in qualitative studies (O’Brien020Kirk & Glendinning, 2004; Steele &
Davies, 2006; Carnevatd al, 2006, Ouelette, 2009).

In the context of children who are dependent ohrielogy, studies report that that the home
environment is organised to accommodate the ndetie ahild and the child’s caregivers
with parents describing how the equipment necedsatye child’'s care effectively took

over the physical space of the home and medicallstiome environment (O’Brien, 2001,
Kirk & Glendinning, 2004). Both of these studieggast a significant loss of privacy for the
family due to the significant movement of in-honupgort staff through the child’s home.
Loss of privacy was also an issue of concern fiilfas in Steele and Davies (2006) study
of children with progressive life-limiting conditis, in which parents described always
having to be appropriate, in manner and dres$ieimn bwn home. Parents of children
dependent on technology in a study by Kirk, Glenaig and Callery (2005) reported that
technology transformed the meaning of home, whadtoimes medicalised by the presence of
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equipment and the continual or frequent present®wife carers or professionals. Carnevale
et al (2006) also report on the loss of the home enwir@mt to the medical equipment
required for the child’s care, or in some instartbesadaptation of the house to
accommodate this equipment. This qualitative stfde families of technology dependent
children described the considerable lengths thagrpa went to in an attempt to camouflage

medical equipment and subsequently make their hapgsar more “normal”.

Findings of qualitative studies exploring famil@fschildren with life-limiting conditions or
technology-dependence are consistent with regarthetimpact of medical technology on
the home environment. Although these studies wetspecifically focused on the
population of interest in this study, and none weaeied out in an Irish context, the findings
are likely to be generalisable to this populatiothat the technology is essentially separate
to the child and family and it was the impact a§thmather than aspect of the child or family,

that has been described.

3.5.5 Financial Impact on the Family
Studies specifically exploring the financial impactfamilies of childhood life-limiting

conditions are scarce, although Dobstral (2001) suggests that it costs approximately three
times as much to raise a child with any severe impEnt as it does to raise a healthy child.
Comparative studies suggest increased costs asbwiah caring for children with life-
limiting condition (Monterosset al,2007) and children dependent on technology (Theten
al, 1999). In a comparative study of parents cararghildren with cancer (n=19) and
parents caring for children with non-malignant-ifaiting conditions (n=110) in Australia,
Monterosscet al (2007) reported only a small difference in thesadf subjectively
experienced financial strain between the two graupgh was not statistically significant.
This finding is possibly to be expected since hildren were recruited to the study on the
basis that they had a life-threatening conditiod iamay have been more meaningful to
compare the group with healthy children. The awglaso report that although both groups
spoke frequently about difficulties in procuringnéling for various forms of care, parents
from the non-cancer group especially spoke of tireldn they endured as a consequence of
the lack of financial and practical assistance.il@nhy in the USA, Thyeret al (1999)

reported that although mothers of children dependenechnology reported higher out-of-
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pocket expenses, the difference in the financiglaiot of caring for a child was insignificant
between 65 mothers of children assisted by teclgyand 54 mothers of children
hospitalised for acute illness. Although the stbglyThyenet al (1999) focused on children
who were technology-dependent, the findings argkeiylto be transferable to the population
in this study in the context that a wide age ramigehildren was included in the sample, and
the study was conducted in the USA where systemdguarding of care are significantly
different to the Irish context. Similarly, despite fact that over half of the children who had
a non-malignant life-limiting condition in the study Monterosset al (2007) were
categorised as having severe neurological disghi@ither the nature of this, nor the age
range of the children in the sample is specifieshg2quently the generalisability of the
findings to young children with life-limiting neudevelopmental disabilities is not clear.

Conversely, in the context of caring for a develeptally disabled child in the U.K,

Emerson (2003) conducted a comparative study oilisof children with intellectual
disability and families who did not have a develemtally disabled child. This study

reported that on all indicators of socio-econongsifion (social class, jarman quintile,
education and income) families caring for a chiithuntellectual disability were less
advantaged than families who did not have an etalially disabled child. One of the major
limitation of Emerson’s (2003) study was the la¢ladormal definition of intellectual
disability with the study identifying children astéllectually disabled based upon mothers’
descriptions of their child as having “learnindfidifilties”. This would suggest a very broad
range of levels of disabilities amongst the samfstiglitionally, the exclusion of children
under the age of five, and the inclusion of childa® associated ICD-10 psychiatric disorder,
may have severely limited the generalisabilityref findings to population of interest in the
current study. Other researchers have explorecetagonship between having a child with
intellectual disability and the employment patteshparents. Olsson and Hwang (2006)
conducted a comparative study of wellbeing, involeat in paid work and division of child-
care labour in Sweden. This study compared 174i&sin which a child had intellectual
disability with 196 families in a control group rmohed for age (<5 years). The study reported
that both mothers and fathers in families whereetheas an intellectually disabled child
worker fewer hours in paid employment than motlagrs fathers in the control group

families. In addition in the families where therasaa child with intellectual disability the
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mother worked fewer hours than the father. Althothgh study suggests a negative financial
impact on families in which a young child has ateliectual disability due to reduced
employment in paid work, it is difficult to geneisd the findings beyond the context in
which the study was undertaken. Sweden has a plariic well developed social welfare
system and is unique with regards to support peavidr parents to combine work and

family.

Studies of families of children with complex headtire needs also report increased financial
burden for families. In a review of research litara published between 1989-2005
Andersoret al (2007) conclude that the financial burden inculbvgdhe families of these
children can be substantial, especially among famwho care for ac child with a severe
disability. Other studies have investigated thatr@hship between healthcare expenditure
and perceived financial burden for families (CheiNé&wacheck, 2006), child health status
(Kuhlthuaet al, 2005) and child and family characteristics (Leyd& Mark, 2010). While
these studies consistently report increased fimshbarden for families, particularly in
association with increasingly complex need andcgdu in parental employment hours, the
fact that they were conducted in the USA limits gle@eralisability of the findings beyond

that particular context.

Similarly, findings from a range of descriptive diees also tend to be consistent in terms of
describing a negative financial impact for familieentonet als (2001) cross-sectional
survey of 93 families of children with a wide vayi®f life-limiting illnesses, reported that
81% of the families reported financial difficultiedthough the exact nature of these
difficulties are unspecified. All families of chiledn who were dependent on technology in
O’Brien’s study (2001) described additional finaala@osts associated with their child’'s
condition. For families in this study these tentletie intangible costs associated with the
extra money needed to run the household (for exaelpktricity and heating). Similar
findings were reported by Quirat al (2005) in their study of Irish families of childrevith a
wide range of life-limiting conditions requiring Ipative care. Families in this study also
reported increased costs associated with one plaagitg to give up work to care for the
child, and costs associated with having to spend feeriods away from home when the child
is hospitalised. The mothers in Redmond and Ricwarg Irish (2003) study also reported
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increased financial costs associated with havirlgugoessential services and equipment.
Negative financial impact was also reported bytémefamilies in Steele and Davies’s (2006)
study of families of children with progressive Himiting illnesses. Again this study
suggested this was principally associated withngjyap or reducing outside employment,
although families also reported additional “hiddests” associated with extra heating, extra

laundry and special equipment needed for the child.

Although contributing to our knowledge of the expace of caring for children with

complex needs, quantitative assessments of theci@leourden experienced by these
families are limited in their generalisability beybthe particular context in which they were
undertaken. Alternatively while research studiemalestrate an association between families
of children with intellectual disabilities and Ianmcome the design of these studies means
that the association might work either way. Howefiedings from qualitative studies
suggest that families of children with life-limigrconditions and disabilities do suffer a
negative financial impact as a consequence ofrtreased intangible costs of providing
ongoing care. These include loss of employment dppities and the additional costs
associated with maintaining the household and @&sioly items and equipment necessary for

the child’s ongoing care.

3.5.6 Impact on Parents of Providing Care
Parents who live with and care for a child withesevand complex health conditions face a

considerable number of different stressors. Rebessdave concluded that parents whose
children have any type of disability or illness eeghigher levels of emotional and physical
stress than parents whose children are healthyéRaleet al, 2006, Dellveetal, 2006).
Hauskov-Graungaaret al (2011) suggest that the experience of having ld @hth a severe
and complex disability is not a single stressot,dsuongoing situation with continual new
challenges and difficulties. The stresses thatli@scaring for children with life-limiting
illnesses experience are neither fixed nor prelietéOuelette, 2009). They coalesce in
patterns that seem to be family specific becaugereint families view the same stressor very
differently (Ratliffeet al, 2002). Much of the research related to the impé&caring for a
child with a life-limiting condition or developmaeaitdisability focuses on the psychological
impact on the mother, possible because mothenmsare likely to be directly involved in the
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child’s routine medical care (McKeever & Miller, @8; Redmond & Richardson, 2003;
Green, 2007a; Monterossb al, 2007; Manaseri, 2008).

3.5.6.1 Psychological Impact of Care Provision
Studies measuring the psychological impact of glog care specifically to children with

life limiting conditions are relatively rare, wittimly three studies located, one of which was

conducted in an Irish context.

Lentonet al (2001) reported a prevalence rate of psychologieabidity of 54% for mothers
and 30% for fathers of children with life-limitingpnditions in their cross-sectional survey in
the U.K. Psychological distress amongst the pasansple was measured using the General
Health Questionnaire [GHQ]. However, neither thesian of the GHQ nor the threshold
used to identify psychological morbidity were spiiedi. This study included a wide range of
children with both malignant and non-malignant diages although no distinction was made
between the groups. Later studies suggest diffeseimcprevalence of psychological
morbidity between parents of children with canasdt aon-malignant life-limiting

conditions. In an exploration of the supportive gatliative care needs of children with life-
threatening illness in Australia, Monterossal (2007) used the 14-item Hospital Anxiety
and Depression Scale to compare rates of psyclhalogjstress between mothers caring for a
child with cancer and mothers caring for a chilthwion-malignant life-limiting conditions.
This study reported a high incidence of moderateete@re anxiety (79%) and depression
(68%) amongst the mothers of children with cancengared to a rate of 34% of moderate to
severe anxiety and 23% of depression amongst thieemsoof children with non-malignant
life-limiting conditions. Although both of theseuslies suggest higher levels of psychological
distress amongst parents of children with life-ting conditions it is impossible to compare
the findings beyond this in any meaningful way. Bhadies were conducted in two different
social and service contexts, and used two diffemsdsurement instruments. Their relevance
to the current study lies in the inclusion of cheid with complex life-limiting disability
amongst both samples. However Montercetsal (2007) provide no details on the age range
of children in their sample, and Lentenal (2001) included a wide spectrum of ages in

theirs.
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Alternatively, Redmond and Richardson (2003) ubedi?-item GHQ to assess
psychological morbidity in a sample of 17 mothefrseverely / profoundly and life-limited
intellectually disabled children, under four yeafsge in Ireland. The authors report that
88% of the mothers were experiencing elevated sevkstrain, with 71% reporting recent
higher levels of unhappiness and depression. Tty ss limited not only by the small
purposefully selected sample, but also by thetfadtthe authors base these estimates on
single item responses to the GHQ rather than thlescecommended threshold for
identifying overall psychological distress. Despiigs, it is of particular relevance to the
population of interest in the current study in teatext that it is the only study to focus
specifically on the same population and age ramgéitren, and was conducted in the same

cultural and service context as the current study.

In contrast to children with life-limiting conditis, studies exploring the psychological
impact of caring for a child with intellectual dishty are plentiful. The findings of these
studies are consistent and report elevated le¥gisyehological morbidity amongst parents
of children with intellectual disability compareala norm reference group of parents (Seltzer
et al,2001; Emersoet al, 2006; Olsson & Hwang, 2006; Singsral, 2006; Baileyet al,

2007; Thurstoret al, 2011). However studies that have specificallylerqnl gender

differences in the experience of stress betweehensiand fathers of children with
intellectual disabilities suggest that the expesésnof fathers and mothers differ, with
mothers more likely to feel intense stress and kapee emotional distress than fathers
(Olsson & Hwang, 2002; do Amarail, 2003).

Emerson (2003) used the GHQ12 in association whlfareport psychological impact scale
to measure psychological distress in a comparativey of 245 mothers with an
intellectually disabled child, aged 5 — 15 years] a group of mothers of non-disabled
children. This study reported a prevalence rat@$ychological morbidity of 35% amongst
the mothers of children with intellectual disalyildompared with a rate of 25% of mothers in
the comparison group. The study also identifiedmlmer of associations between the
assessed mental health status of the sampledschlather including indicators of
deprivation, the number of potentially stressftd Bvents experienced by the child, the
mother’s self-assessed social impact of the samgblgd's difficulties, family functioning,
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and the gender of the sampled child. The degreich this study can inform the current
one is difficult to estimate. Emerson’s (2003) stedcluded children in the age range to be
investigated in the current study, and relied uihenuse of an un-validated operational
definition of intellectual disability which encomgsed children with a wide range of levels

of intellectual disability.

Olsson and Hwang’s (2006) comparative study offaidilies in which a child had an
intellectual disability and 196 control familiesaasthe Beck Depression Inventory [BDI] to
examine psychological wellbeing between mothersfatiters of children with an
intellectual disability, and between parents ofdriein with an intellectual disability and a
norm reference group. In this study mothers ofdekih with intellectual disability reported
more depressive symptoms than fathers, and pastaksldren with intellectual disability
reported more depressive symptoms than parent iodntrol group. Although this study
reported a positive relationship between involvemepaid work and wellbeing for both
mothers and fathers of children with intellectusldbility, the cross-sectional nature of the
survey means it is impossible to distinguish whefieor psychological wellbeing was the
reason for low employment, or whether employmextdaositive effect on psychological
wellbeing in the study group. Although the findingsre consistent with those of Emerson
(2003), again the degree to which this study céorim the current study is difficult to
estimate. Like Emerson (2003), Olsson and Hwan@&20cluded children from birth to 16
years, with a wide range of intellectual disal@ktiranging from mild to severe.

Similar findings are reported by Seltz#ral (2001) who conducted a comparative study of
three groups of parents of children with a develeptal disability, a serious mental health
problem, and a normative group to explore life-seumpacts of caring for a child with a
disability. This study confirms other reports tpatents of children with developmental
disabilities worked fewer hours in paid employmand had reduced rates of social
participation over the life course. However parentthis group did not differ from the
comparison group in terms of physical wellbeingjclhwas assessed using a self-rating
scale, or psychological wellbeing which was asskaseng the Center for Epidemiological
Studies Depression Scale. The unique featureltdfe®et als study (2001) was that the
participants were selected for the larger studgrgo and independent of the birth and
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diagnosis of their child. Although this study wasque in its ability to circumvent self-
selection bias and provide information on pre-éxgstariables in the sample, the degree to
which it can inform the current study is limited thye fact that it focuses on the parents of

adults with intellectual disability.

More recently Thurstort al (2011), in a cross sectional survey of parentsguaddians of
children with complex special needs, reported #1a6% of the carers in their study
exhibited symptoms (mild to severe) of psychiatiigtress using the Kessler scale as a
measurement tool. The presence of psychologistiedis was associated with reports of
poorer social support, family dysfunction, greateverse impact of the child’s situation on
the family, poorer child behaviour, unfavourableguaing styles and poorer child
psychosocial functioning. The severity of the clilphysical dysfunction was not related to
parents’ / guardians symptoms of psychologicalest The extent to which this study can
inform the current one is limited by the fact tia nature of the child’s complex needs is
not defined, and families of children from 16 ditfat ICD-10 diagnostic categories were
included in the sample. In addition although 40%hef children in the sample were aged less

than five years, the sample included children agetb 19 years.

Two studies have used meta-analysis to explomaliiee related to the psychological impact
on parents of caring for a child with a developraédtisability with reasonable consistent
findings. Singeet al (2006) conducted a meta-analysis of 18 studiekepfession in

mothers of children with and without developmeuwlighbilities. This meta-analysis included
only studies in which data was collected usingdaatised self-report measures with well
established psychometric properties. The analgsisd higher levels of depressive
symptoms in mothers of children with developmedishbilities, with an effect size of .39
and estimated average of 29% of mothers with sggmtly elevated symptoms. Similarly
Baileyet al (2007) conducted a meta-analysis of 42 studiesifspsly measuring depressive
symptom in parents of children with intellectuagability. This analysis included studies in
which depression was diagnosed using a psychiatgcview applying DSM-VI criteria.
Computing a weighted average of reported ratesdviduals who passed a screening

threshold for current depression, Baitgyal (2007) reported an estimated rate of 23.6% of
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significantly elevated symptoms of depressionhshglower than the figure reported by
Singeret al (2006).

In summary, numerous studies have reported eleletets of psychological distress
amongst mothers, and to a lesser extent fathechildren with life-limiting conditions and
intellectual disabilities. Although the finings thfese studies are generally consistent, there
are several difficulties associated with compagand contrasting this research literature,
which principally relate to the constructs and metlogies used. Studies have assessed
different samples of parents, of different popwlasi of children, at different ages and
developmental stages. In addition samples are aftenigorously constructed, and the wide
variety of measurement scales and instrumentsmsé&és comparisons of prevalence rates
between studies difficult, and may account to tiffere¢nces reported. Despite these
difficulties studies generally report higher rabéslistress and lower rates of well-being
among mothers, and occasionally fathers, of chilavth life-limiting conditions or
developmental disabilities. The difference in leved psychological distress between
mothers and fathers may perhaps be explained bytine demanding parental role in which
mothers are involved, and the fact that as mott@msistently worked fewer hours in paid
employment they may have been more socially isdlttan fathers. The degree to which
these studies can inform the conduct of the cusemly is limited by several factors
including the broad age range of children in thelgtsamples which makes application of
the findings to a particular age group of childdsficult. Additionally, the fact that children
with life-limiting disabilities are subsumed intioet samples of studies exploring life-limiting
conditions more generally means that the relevahtieese general findings to this specific
population of children and their families is diffit to estimate. Finally, studies specifically
exploring children with developmental disabilitiesve either used un-specified
classifications of intellectual disability, or haveluded a broad spectrum of level of
intellectual disability, consequently the applidapiof the findings of these studies

specifically to children with life-limiting disabiles is uncertain.

3.5.6.2 Physical Impact of Care Provision
The physical impact of caring for a child with geliimiting condition or developmental

disability has also received attention in the redeéterature in recognition of the extra
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physical burden on carers. Three comparative stugdiald be found which explored this
aspect of care, although all focused primarilylomanother. Thyeet als (1998) study of 65
mothers of children assisted by technology and &thers of children hospitalised for acute
illness reported impaired general health relatgabia, vitality, and social functioning in
mothers of the technology-dependent children. Atoae general level, in their comparative
study of mothers caring for a child with cancer amathers caring for a child with non-
malignant life-limiting conditions Monterossa al (2007) reported that 95% of mothers
caring for children with cancer described theirgq@hhealth as good or excellent general
health compared with 61% of the mothers caringfoldren with non-malignant life-
limiting conditions. They suggest significant di#éaces in the carer burden for the two
groups including a much longer caring trajectorgrensevere disability and a higher carer
burden amongst the non-cancer group of childrenwddor the difference between groups.
Similar findings are reported by Brehaaital (2009) in a large scale population-based
Canadian study which compared the health of 3688go&ers of healthy children with the
health of 2495 caregivers of children with a variet chronic and disabling conditions. The
children with chronic conditions ranged in age fréftil yrs. and 90% of the primary
caregivers were the child’s mother. Consistent withfindings from previous studies
Brehautet al (2009) report significantly poorer health amortgst caregivers of children

with chronic health problems after controlling family, caregiver and child related factors.

The principle difficulty associated with comparitig findings of quantitative studies on
parental health relates to the instruments usete@sure the construct. Thyenal (1998)

used a subscale of the Center for Epidemiologidi8suDepression Scale, however neither
Monterosscet al (2007) nor Brehautt al (2009) specify a validated measurement
instrument. Although these studies report consigtedings the transferability of these to the
population of interest in the current study is oettain. Neither Thyeat al (1998) nor
Monterosscetal (2007) specify the age range of children in teaidies, while Brehauwt al
(2009) excluded children in the age range thatstudy is concerned with.

The physical impact of providing care to childremhwife-limiting conditions has also been

briefly described in qualitative studies. Theseststently describe two main physical
impacts, namely parental fatigue and exhaustioBii©h 2001; O’Brien & Wegner, 2002;
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Kirk & Glendinning, 2004; Greene 2007a; Monterossal, 2007; MacDonald & Callery,
2007; Smith Stepanek, 2008). Steele and Davie€9gpstudy reported that fatigue was a
particularly prevalent symptom that held the pagdb impact on parents in multiple ways.
Parents in this study of children with life-limigmeurodegenerative conditions also reported
a range of somatic symptoms including injuries, naiige headaches, and anaemia. Similarly,
Smith Stepanek (2008) reported that cognitive dngigal exhaustion was a part of daily

life for parents caring for children with life-liting conditions. While specifically in a
disability context, Murphet afs (2006) qualitative exploration of the physicaleemotions
health of caregivers of children with intellecta#idabilities participants reported that they
spent on average 14.7h / day in caregiving aasjtand describe physical problems that
included chronic fatigue, sleep deprivation, paid ajuries. The inclusion of both young

and adult children in this study limits the extemtvhich the findings can be generalised

specifically to young children with life-limitingeurodevelopmental disabilities.

3.5.7 Impact on Siblings
Living with a sibling with a life-limiting conditia clearly also has consequences for other

children in the family, and well siblings of chitlr with these conditions have unique needs
of their own which also require attention, undardiag and support. Besiet al (2010)
suggests that healthy siblings of chronically lilildren face multiple challenges such as
exposure to the physical and emotional pain of tibling’s condition, fear, parental

distress, and extended separation form their gjldimd parents because of hospitalisations.
Using standardised assessment tools such as tirgSterception Questionnaire (Sloper &
While, 1996; Stallaret al 1997; Lentoret al, 2001), and the Strengths & Difficulties
Questionnaire (Tayloet al, 2001; Besieet al, 2010), studies report a prevalence rate of 20 —
30% of poor adjustment in siblings of children wlite-threatening conditions. Moreover,
parents often consider that their concerns abair tiealthy children's adjustment are an

additional stress factor in family life (Eiser, B@Manaseri, 2008).

Studies on well siblings of children with life-tlatening or life-limiting conditions have
tended to be quantitative in nature and focuseth@emeasurement of well siblings’
adjustment. Studies that have used the Siblingepéon Questionnaire (Stallaed al, 1997,
Lentonet al, 2001) have reported high rates of sadness antarabor behavioural
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problems, and the considerable communication neklasalthy siblings of children with
life-limiting conditions. There is also evidenceatlparents overestimate to degree to which
healthy siblings cope (Lentaat al, 2001). Tayloet al (2001) provided additional support for
these findings using the Strengths & Difficultiegg3tionnaire to explore the adjustment of
siblings of children with a wider range of malighand non-malignant illnesses requiring
daily routines of care. This study reported no sicgnt association between ill siblings’
malignant or non-malignant diagnosis and theirthgadiblings’ total difficulty scores with
emotional subscale scores elevated for all heahiigren, and significantly associated with
maternal emotional distress. More recently Besiel (2010) expanded upon the findings of
Tayloret al (2001) by using the SDQ to compare siblings ofdrkn with a chronic, life-
limiting or life-threatening illness with a matchedntrol group of children from the general
population. This study also reported an elevatgdaf having emotional and behavioural
problems in the study group, with no significarftetience in any of the subscales or total

scores between the siblings relative to the diagmgsoups of the ill children.

The consistency of the findings of quantitativedgts exploring well sibling of children with
chronic, life-limiting and life-threatening conaitis suggest a negative impact on well
siblings emotional health. The findings also suggjest this impact is similar regardless of
the nature of the ill child’s condition or diagn@sHowever, at a general level these studies
suffer from a number of methodological weaknesSagdies have relied upon volunteer
families and it is unclear whether such samplesepeesentative of the general population or
biased towards better adjusted families who maynbee willing to participate. In addition
most have relied upon parents reports of siblijgschent and perceptions (predominantly
mothers), which have been demonstrated by Lest@h(2001) to be inconsistent with the
self-reports of well siblings. Typically studiesveaincluded children of all ages making it

difficult to account for developmental stages idlwhildren’s adjustment.

In contrast to studies exploring the well siblimj<hildren with life-threatening or life-
limiting conditions, studies exploring the siblingfschildren with intellectual disabilities
have tended to be predominantly qualitative in reaéund focused on the perceptions of well
sibling. In a grounded theory study exploring ctelds perceptions of their intellectually
disabled siblings Stalker and Connors (2004) catecthat while children were aware of
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their sibling’s impairments with varying levels wfiderstanding, the majority did not
construe this as marking their sibling as “diffeferStalker and Connors (2004) conclude
that children’s perceptions were dominated by offgaple’s reactions. Similar findings were
reported in a study by Warren-Dodd (2004) whiclo &ighlighted varying levels of
understanding of their sibling’s condition, althbugnlike the children in Walker and
Connors’ study (2004), well siblings in Warren-D&situdy (2004) reported both positive
and negative perceptions of their disabled sibdiaglid the well siblings in a study by Naylor
and Prescott (2004). It is worth noting that intbot these studies the primary focus was on
the evaluation of a support group for well siblinfjlee degree to which this may have

influenced the findings is not clear.

The findings of qualitative studies exploring thexgeptions of well siblings of children with
disability tend to be consistent, and suggestwhditsiblings of children with intellectual
disabilities report both positive and negative pptons of their siblings. However these
perceptions tend to be focused on the sibling a@n the disability or illness per se, and in
general these were probably not that different ftbenviews that any child would express
when asked about their siblings. Like the quamtigestudies exploring sibling adjustment
studies are limited by small numbers and convermieamples which included children of all
ages, again making it difficult to account for dieyenental changes in children’s
perceptions. In a review of sibling disability lié¢ure Stoneman (2005) concludes that there
is a common theme across the issues in need dfaddiresearch, namely, the importance
of developing large sample and multisite studiesiloiings as the issues are complex and

cannot be adequately addressed when sample sezemall.

There may however be more subtle impacts on wdlhgis of children with life-limiting
conditions and disabilities that are not accoumbedby children’s perceptions and levels of
adjustment. Parents' emotional and physical avéilato their healthy children is important
(Bradford, 1997; Tayloet al, 2001) and several studies have commented oagpisct of

life for a well sibling of children with technologyependence and children with complex
disability. While some children in Naylor and Pretss study (2004) reported that they were
treated the same as their sibling with a disabdttyers reported a lack of attention from their
parents because their sibling needed more helg@ubrt from carers. This may account for

79



the findings of Sharp and Rossiter’'s (2002) metayais of sibling impact that illnesses with
daily treatment regimes were associated with greeggative effect than those that did not
affect daily functioning. Similar findings were @ped in the context of technology-
dependent children by O’Brien (2001) and Carneeala (2006) and for children with life-
limiting conditions (Manaseri, 2008). Parents irB@én’s study (2001) also describe how
the nature of the care required by their technoldgyendent child leaves little time to devote
to the needs of other family members. Parents me&aleet al (2006) also described how
siblings are neglected as a consequence of thehim@eeded to be devoted to the
technology-dependent child. Many parents repostdlsian additional source of stress,
anxiety, and grief. Carnevad# al 2006; Manaseri, 2008; Ouelette, 2009)

It would also appear that social opportunities emeractions for well siblings also suffer.
Nicholl (2008) reports limited social opportunitifes siblings of children with complex
needs as a result of the attendant practical diffes associated with leaving the home
environment, while Carnevaég al (2006) report similar difficulties in the conteddtchildren
dependent on medical technology. In the contexhdéihood disability the issue appears to
be more complex and less concerned with the pragmaspects of caregiving. Parents in
Burke’s (2010) mixed methods triangulation studyarted limited opportunities for doing
things together as a family, while well siblingsStalker and Connors’ study (2004) also
report the loss of normal social opportunities aepts insist on including their disabled
child in all social occasions. However while Stalkad Connors (2004) report that disability
is constructed as a form of normality within thenfly itself, Burke (2010:1694) proposes
that the experience of well siblings is essentialigability by association” in their social

encounters.

In summary, despite consistent findings acrossesutie issue of psychological impact on
well siblings of children with a chronic, life-lifing conditions, or intellectual disabilities
appears to be complex. In the face of findings foprantitative studies 70-80% of well
siblings are well adjusted, and do not report sicgmt difficulties. This is reinforced by
meta-analyses of sibling impact literature. In darenalysis of 25 studies on the siblings of
individuals with intellectual disabilities Rossitend Sharpe (2001) reported only a small
negative effect for having an intellectually disabkibling. This negative effect was more
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pronounced for measures of psychological functignamd adult reports versus child self-
report. On repeating the meta-analysis procedutte siblings of children with a variety of
chronic ilinesses Sharpe and Rossiter (2002) reporbdest negative effect relative to
comparison participants or normative data. Agais iegative effect was more pronounced
for measures of psychological functioning, and adkports versus child self-report.
However illnesses with daily treatment regimes wassociated with greater negative effect

than those that did not affect daily functioning.

3.5.8 Summary of Research Literature Related to the = Demands
and Risk Factors for Family Adjustment
There is a considerable body of knowledge relategtieé demands placed on families caring

for a child with a life-limiting condition or devepmental disability. The research literature
suggests that family caregiving in this contexdssociated with a variety of variables that
contribute to the overall stress experienced byilfasn These include factors related to the
nature and management of the child’s care, balgrfeimily life, and a variety of negative
impacts on both individual family members and ity as a unit. According to Family
Stress, Adaptation and Adjustment Theory (McCuldbPatterson 1983a, 1983b; McCubbin
& McCubbin, 1993) these factors do not functiors@ation but rather act synergistically to

influence family outcomes.

However family outcomes are not determined solglyhle accumulation of these
considerable demands. They are also influencedvayiaty of mediating and resource
factors which help ameliorate the stress and bueaperienced by families. The following
section of this research literature review focuseghese intra-familial resources, and these

services which are available to families to supfieein in their caring role.

3.6 Family Resources and Intervening Factors: bB

Factors
It is a major tenet of Family Stress, Adaptatiod &djustment Theory that all families have

resources and capabilities for meeting the demahd<risis situation, and that these include

characteristics of individual family members, taenfly unit, and the community of which
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the family is a part (McCubbin & Patterson 1983283b; McCubbin & McCubbin, 1993).
The theory proposes that when families have theurees they need they are better able to
adapt to adversity by coping with the imbalancevieen the demands of the stressor and
their ability to respond and minimise the attendiistress. The model identifies both intra-

familial and external resources which influenceifgrmoping in childhood illness.

However, in the context that this study was notgtexi to be a test of the model intra-
familial resources are not explored in this studgt eonsequently are not reviewed in depth
in this section of the research literature reviéhere is a vast volume of literature related to
family stress and coping in the context of childthaatellectual disability which has used
various theoretical frameworks to examine thesepimena (although this is not so
prevalent in the context of childhood life-limitinigness). Generally studies have focused on
identifying the relationships between variableagsged with certain child characteristic,
family characteristics and the availability of fahsupport systems with family stress and
coping; or on differences between mothers and fatherceptions of stress and coping
strategies. (Heaman, 1995; Hoatel, 1998, Smith, Oliver & Innocenti, 2001; Olsson &
Hwang, 2002; Lam, Giles & Lavander, 2003; Kels@rfeh & Fernandez, 2005; Glidden,
Billings & Jobe, 2006; Giallo & Gavidia-Payne, 20@lidden & Natcher, 2009; Larson,
2010). Studies suggest that, in families of chitdnéth disabilities, parental stress shows a
stronger statistical relationship to family coh@simcome level, and family and social
support than to aspects of child functioning angegéy of disability. Although extensive,

this literature is likely of limited relevance toet specific population that this study
addresses. These studies have approached intelldeability as an umbrella term, and
subsequently included children of all functionaldks including those with associated
psychiatric disorders and challenging behavioursddition many studies have used the
term “child” to refer to a relationship rather tham age category and consequently include
both young and adult children further limiting tixetent to which they can inform the current
study.

In the context of childhood chronic, life-limiting severely disabling conditions, studies

have identified a variety of factors associatedhyiarental stress and coping resources.
These include: access to information (Lengébial, 2001; Kirk & Glendinnging, 2002;
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Redmond & Richardson, 2003; Quiahal, 2005, Monterosset al, 2007; Smith Stepanek,
2008), the degree of uncertainty in the child’soctic condition (Dodgsoet al, 2000;

Cohen, 1993), family cooperation and social andtemal support (Taanilat al,2002;

Katz, 2002), family function (Kingt al, 1999), continuity of care and relationships (Ele&
Solomon, 2005) and feelings of personal competandecontrol (Dellvest al,2006; Llyod

& Hastings, 2009). There is also evidence that erstiand fathers experience family stress
to different degrees (Katz, 2002; Dellgeal, 2006), report different experiences of burden,
meaning and growth (Ware & Ravel, 2007; Kenned92®chneideet al, 2011), and
favour the use of different coping resources aratesgies (Kinget al, 1999; Swallowet al,
2011).

This section of the research literature review sesuinstead on services to children and their
families since this was the main intervening factddresses by this study. Formal service
support is identified in Family Stress, Adaptatsord Adjustment Theory as a critical family
resource in the context of childhood illness (McBinb& Patterson 1983a, 1983b).
Subsequent research in families of children witlimiting conditions and families of
children with severe disabilities support this fiosi reporting that support from formal
service systems is a significant and importantiqaieesource for family coping and
adaptation (Kinget al, 1999; Katz, 2002; Taanikt al, 2002; Kirk & Glendinnging, 2004;
Dellve et al, 2006; Kenny & McGilloway, 2007; Ouelette, 2009).

3.6.1 Parents’ Experiences of Services to Children and their
Families
Access to appropriate health-care services is fatahe health and wellbeing of all children.

While children with complex neurodevelopmental disaes have the same range of need
for services and support as other disabled childrexir medical, physical social and
emotional care requires proportionally more tinteygical and financial resources (Nokin
al, 2005; Campbell, 2007), and they are likely tarbeontact with many different agencies
and services (Cast al, 1999; Redmond & Richardson, 2003; Quétral, 2005).

Literature related to service access for childréh special or complex medical needs, of
which children with life-limiting conditions form specific subgroup, is almost entirely
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dominated by American studies (Newachetlal, 2000; Wyngaarden Krauss al, 2003;
Mayeret al, 2004; Erickson-Warfield & Gulley, 2006; Bitsleb al, 2009; Hefner, 2010). The
findings of these studies are consistent, and siggeess difficulties and considerable
unmet service needs amongst this population oflidnl They also report increasing access
difficulty as the child’s needs become more commetheir condition more unstable, or
where the parent was in poor health. Howeverctimext in which these studies were
undertaken means that the findings are unlikelyet@eneralisability to the Irish context with
its free access to publically funded health sesrite addition these studies have tended to
focus on service access as a binary outcome; dleis ot take account of the many

difficulties that parents experience in trying txass the services in the first place.

Alternative qualitative studies have tended to fosimultaneously on issues of access to
services and the process of service delivery. Asgian exploration of the palliative care
needs of children with a wide variety of life-linmgy conditions in Ireland, Quinet al (2005)
explored parents’ experiences of service availgtalnd service usage. The 34 purposefully
selected parents in this study reported insufficommunity based services, and
considerable difficulty in accessing essential m&s/and equipment. They also reported
unnecessary bureaucracy, lack of information amalyden service provision. Experiences of
hospital based services were generally positithpagh some parents were critical of the
poor communication skills of hospital personnel #relphysical conditions encountered in
hospital settings. Parents in this study emphagfsedalue and importance of home care and
respite services, and the significant role of tbrintary sector in the provision of services.
Although this study had some relevance to the @dju of the current study in that it was
conducted in an Irish context, and used a natipmefiresentative sample, the broad range of
diagnostic categories and range of ages of thdreimlin the study (0-27) make it impossible
to distinguish the service needs of any specifougs of children and their families.

However the findings support previous research égriond and Richardson (2003), also
conducted in Ireland, but this time focused spealfy on young children with severe and
life-limiting disabilities. Mothers in Redmond aRichardson’s study (2003) also reported
services that were insufficient, inconsistent aratlequate to meet the child’s needs. Similar
to Quinnet al (2005) difficulties with bureaucracy and delay®btaining necessary services

were common, with mothers describing uncoordinadestonnected services that were an
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additional source of tension and strain. The comsce of these findings would suggest that
these difficulties are uniformly experienced byfathilies regardless of the child’s age or

diagnostic category.

Studies from the U.K. are also consistent, andrtdpalings similar to those conducted in
Ireland. Kirk and Glendinning (2004), in their guative study of services and supports for
parents caring for a technology-dependent chilibate, describe community based services
that were not sufficiently developed to supporsth@amilies. Generally services were poorly
planned and coordinated which resulted in famiéz®iving services from a number of
organisations and professionals who were sometimiefsised about the responsibilities and
roles of different support services. While in a edxmethods study Hunt, Elston & Galloway
(2003) explored perceptions of services for chitdréth palliative care needs from the
perspective of a mixed group of service users dinly parents, carers and young persons
(n=272) and also reported services that were diffio access and which lacked resources
and funding. Consistent with previous descriptigarts this study found a large proportion
of parents (47%) reported services that were nebdedere unavailable or difficult to
access, with 58% of parents reporting that theybaaters when trying to access care and
support. Principle amongst these was a lack ofuress and funding. Consistent with Irish
studies (Redmond & Richardson, 2003; Quetal, 2005) parents also described services

that were characterised by delays, lack of inforomatand bureaucracy.

Despite being conducted in two different servicetegts, studies from the U.K. and Ireland
report consistent findings regarding service ptiovigo children with life-limiting conditions
or technology-dependency. These studies suggestigagxperience a number of access and
process difficulties with services that are chaaséd by inconsistency and underfunding.
The one study that specifically focused on younitfodn with life-limiting
neurodevelopmental disabilities suggests that thesalso experienced by this group of
children and their families. These studies proadeh description of perceptions and
experiences of services available to children andilfes, although they lack any particular

focus for intervening to improve these services.
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Other qualitative studies, although focused moreegaly on the overall experience of
caring for a child with a life-limiting conditionrcomplex medical needs, also provide
descriptions of parents’ experiences of engaging thie services available to their child and
family. For the most part these qualitative studiescribe process rather than access
variables, and once again findings are consisteggrdless of the context in which the study
was undertaken. Carnevale et al (2006) describaertpact of limited resource allocation on
both the child who is technology-dependent andahsly, and report services which are
difficult to obtain and characterised by long dslagimilarly Nicholl (2008) reports that
getting services was difficult, and keeping themlpematic, for the mothers of children with
complex needs in her study. Mothers of childremwfe-limiting illnesses in Ouelette’s
(2009) describe several process difficulties wigalthcare providers including
communication difficulties and information diffidids. Manaseri (2009:143) describes the
services to mothers of children with complex meldnegeds in her study as “characterised by
a rhetoric of choice and integration” as mothertia study discuss the difference between
“on-paper” services and “real-life” services. Whihese studies provide a rich description of
perceptions and experiences of services availalditdren and families they are subject to
the limitations of any small scale study with agmsefully selected sample. In addition many

lack a particular focus for intervening to imprdhese services.

In summary, literature focusing on issues of s@wior children with life-limiting conditions
and complex disabilities form the perspective akpés report consistent findings, regardless
of the service context in which they were undemal&udies suggest that parents are
consistently confronted by issues of access, iitseifit services, poor coordination and

integration, beurecracy and delay.

3.6.2 Service Providers Perceptions of Services to Children and
their Families
Hunt, Elston & Galloway (2003) and Quiehal (2005) also explored service providers’

perspectives on the services available to childrgm life-limiting conditions as part of their
studies in the U.K. and Ireland respectively.
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In a study described as a mixed methods studydsatngially a postal survey with open
ended questions, Hunt, Elston & Galloway (2003)lexqal perceptions of services for
children with palliative care needs from the pectipe 144 health care providers (health
professionals / social care workers / support wakéonsistent with service users, service
providers (58%) also reported services that weesl@ee but were unavailable or difficult to
access. One of the main strengths of this studyitwa®mparison of the views of parents and
service providers, which demonstrated both agreeamhdisagreement on individual
aspects of services. The identification of somesetspof unmet needs were consistent
between the groups with both groups identifyingiffisient respite services and insufficient
emotional and social support for parents. Howelverd were also come conflicting opinions
on some aspects of services available: for examfifggugh service providers considered
that only 2% of parents did not have an identikeg-person to call upon to organise care or
support, 46% of parents reported that this was#ise. An additional strength of the study
was its identification of solutions to the diffitigls parents experience rather than simply
describing these difficulties. Parents proposei tiey needed more services, which were
better coordinated, and a key worker who could Kedm coordinate and access the services
they needed. Alternatively health professional$ppsed joint directorates and shared
budgets for agencies involved in the provisionarec One of the major limitation of this
study was the low response rate of 30% overalir{dividual figures are given for the
separate groups) although this still representedodithe largest samples used in exploring
services to this group of children and their faesliln addition, all participants were
recruited through the ACT database, subsequenljytbase registered with the database
were included in the study.

In an Irish context Quinat al (2005) also explored professional and voluntarykers
perceptions of palliative care, and their expersnaf providing palliative care for children
with life-limiting conditions, although many of thgarticipants did not acknowledge the care
they provided as palliative care. Data was colciging postal questionnaires and during 15
focus group interviews with a broad range of preif@sal disciplines and agency types, and
from 12 individual interviews with key service piders and policy makers. The
overwhelming view of service providers was for tieed for a multidisciplinary team

approach to service provision, that is flexibled &hild and family centred. The need to
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expand the services of the palliative home cana t@ainclude children with life-limiting
conditions was considered a priority. Concern wgsessed about the availability,
consistency and equity of current services, inipaer respite services and in-home support
services were considered insufficient. Concern alss expressed about funding issues
affecting the availability of essential equipment@appliances. The breadth and inclusive
nature of this study may be considered both agtheand a limitation. It may be perceived
as a strength in terms of its provision of a gemeverview of the opinions and experiences
of a wide variety of agencies involved in the cafr@ wide variety of children with a broad
range of life-limiting illnesses. Alternative itay be a potential limitation of the study in
that many of the professionals and agencies indohae a specific and quite unique focus,
differing political agendas, and a very wide ranfenique experiences and expertise. The
study reports the combined views of participantsyéver the demographic data reported in
the study suggests considerable variations inxtpereences of this disparate group of
service providers in providing care to the popolaif children and families that the study

explored.

Studies exploring service providers’ perceptionthefservices they provide to children with
life-limiting conditions are relatively scarce. Hewer, despite two different service contexts,
the findings of these studies are remarkable ctamtisboth with each other and with parents
reports. Service providers in both studies repostagices that lacked resources and funding,
and both identified unmet service needs that iredudsufficient respite services and
insufficient emotional and social support for pasein both studies service providers also
suggested that accessing services and supportiffiast not only for parents, but also for

service providers themselves.

3.6.3 Summary of Research Literature Related to Int  ervening
Factors
A considerable volume of research literature exisisted to family stress, coping and coping

resources in the context of childhood intellectliahbility and childhood life-limiting illness
which identifies a wide variety of inter-familiadsources which influence family coping and
adjustment. One of the critical extra-familial resmes that has been identified in the research

literature is the issue of formal support from sleevices available to the child and family.
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Although these studies provide an internationaspective, which incorporates a variety of
service delivery models, the findings are generm@lysistent across studies. Findings suggest
that parents are constantly confronted with undadéd, inconsistent and uncoordinated
services, which are difficult to access, and insight to meet the needs of children and
families. Findings from studies which have explotieel perspectives of service providers
support parents’ experiences and report similaee&pces amongst the service providers

themselves.

3.7 Meaning and Appraisal in the Care of the Child: cC
Factors
Within Family Stress, Adaptation and Adjustment ditye'cC” factors refer to the meaning

the family gives to the total crisis situation,luding the stressor and the associated stains.
Families’ ability to successfully re-define a csisituation and give it meaning is a critical
component of family adjustment and adaptation (Mutlu & Patterson, 1983a, 1983b). This
section of the research literature review focusethe meaning families attribute to their

situation and parents positive perceptions of tbkid.

3.7.1 Parents Positive Perceptions of their Child
A feature specific to the childhood disability resgh literature is the concept of positive

family perceptions of children with disabilitiesjtivperceptions of burden and stress
associated with the care and parenting of chilerigin disability much criticised in recent
literature. Emersoat al (2006) criticises researchers for focusing onetmotional burdens
of having a child with intellectual disability atelss on the burdens imposed by the
inadequate societal support for the time-consuramjexpensive task of caring for such a
child. Similarly Green (2007a) cautions researcbeemember that parents of children with
disabilities raise their children within the coritex a powerful societal discourse that
devalues disabilities and they are expected toeletionally burdened. Summers, Behr &
Turnbull (1989) suggest that it should be acknogéetithat a child with a disability
encompasses a multitude of characteristics, solatdeto the disability and some not,

which may lead to stress in the family, while otblearacteristics of the child may yield non-
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stressful effects that may be either positive @atige. In this regard, a child with a disability
may be no different to children without disabilgtie

There has long been evidence to support the fattthildren with intellectual disabilities
make a positive contribution to family life, altrgiuinitially, in many studies the finding was
incidental to the major interest of the investigatiStudies report several positive aspects to
parenting a child with a disability including a séy and stronger family; personal growth,
more patience and compassion, unselfishness; grehger appreciation for the small and
simple things of life (Wikleet al,1983; Abbot & Meredith, 1986; Mullins, 1987). Hognb
(1992) found that the majority of parents felt tHeies were enriched and made more
meaningful, regardless of the type or severityhefrtchild’s disability. More recent studies,
designed specifically to explore positive percamio families, have also identified the
positive impact that the child may have on the famménerally. Studies have identified
dimensions that may be specific to raising a chilth a disability, such as: source of joy and
happiness, personal growth and strength, increfaseity closeness, increased sensitivity to
others, and opportunities to expand one’s socidlptitical activities and contacts (Stainton
& Besser, 1998; Scorgie, Wilgosh & McDonald, 1998prgie & Sobsey, 2000).

More recently research approaches have tendedduoditative in nature and focus on
identifying predictor variables for parental pogitiperceptions, and on the relationship
between positive perceptions and parental copimgliffgs suggest that that mothers’
perceptions of the positive impact of the child &sceffect on the family are positively
predicted by the use of reframing coping strategheshelpfulness and usefulness of support
from family and friends, and the caregiving dem@Hdstingset al, 2002) and by parental
confidence and sense of coherence (Mak, Ho & L&972 In a comprehensive review of
the literature Hastings and Taunt (2002) identifietlimber of key issues related to research
on the positive perceptions and experiences ofliesmof children with disabilities. These
include: family members do report a range of pesiperceptions and experiences; the
presence of positive perceptions and experien@ast occur in concert with negative or
stressful experiences; although typically reportimgye stress than do families of children
without disabilities, families of children with dibilities do not seem to report fewer positive
perceptions; positive and negative perceptions sedra predicted by different factors. They
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suggest that positive perceptions may serve sonwifun for families of children with

disabilities as a means of coping with the expeegenf raising such a child.

In summary, there is considerable evidence to sidbat parents perceive positive impacts
from caring for a child with an intellectual diskiy. Much of this is anecdotal evidence from
studies which were not specifically designed toiepositive perceptions. Studies which
focus specifically on positive parental perceptibase tended to be either qualitative in
nature, or limited by small samples which have haemposefully selected. While all of these
studies included parents of children with a var@tage ranges and disability severity to
ensure comprehensive representation, this cowygtedsmall sample sizes, makes it
impossible to look at differences in positive pgtgan related to disability severity or the
existence of co-morbid conditions. Consequentlygiieeralisability of the findings of these
studies to the population of interest in the curetady in not clear. Studies specifically
focusing on positive parental perceptions of tohitdren with complex or life-limiting
disability are absent from the research literatunech makes it difficult to draw conclusions
regarding parental perceptions in relation to yocinigdren with life-limiting
neurodevelopmental disabilities. It is also worttimg that, despite the focus on parents’
positive perceptions, participants in all studiesimented on aspects of burden and some
element of negative interaction with services, gstjgg the concepts of positive perceptions

and burden are not bipolar positions and but ratbeur concurrently.

3.7.2 The Experience of Parenting a Child with a Di  sability
An additional feature of the research literatutatesl to children with disabilities is the

general considerations of the meaning of parersiiaip children. This not an area that has
received much attention in the context of childhéfedlimited illness, although it received a
cursory mention in a study of parents of childratihwfe-limiting illnesses by Steele and
Davies (2006), and is a feature of parents’ desorp of caring for their technology-
dependent child in a study by Carneveti@l (2006).

By their nature studies exploring the meaningarepting a child with a disability are

qualitative in design. The findings of these stadiee consistent and present a parenting

experience generally characterised by a constasioie between concurrent positive and
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negative emotional states and appraisals whichve\anhd change over the course of the
parenting experience (Kearney & Griffin, 2001; Gre2007a; Hauskov-Graungaaetial,
2011). In a phenomenological study of six pareotsi$ed on parenting a child with various
levels of developmental disability Kearney and {8ri{2001) describe a model characterised
by tensions between states of joy and sorrow whigiain parents’ concurrent contradictory
emotions and thoughts. In this study parents’tattad states of joy to their child, while
those of sorrow were attributed to parents’ dealwgh other people’s frequent messages of
negativity and hopelessness. Parents in this spdle of: confusing and conflicting
emotions; ambiguous prognoses; conflicting peroagtbetween themselves and health
professionals; of not knowing what to expect amietimes simply not knowing what to do.
The relevance of this study to the population efebrrent study is limited by the fact that
two of the children in Kearney and Griffin’s stu(®001) had an acquired developmental
disability and so would have been parented in dinedndifferent context prior to the
occasion of their disability. In addition, the spudcluded a wider range of levels of
developmental disability. Conversely Green (20@i&scribes the mothers of the disabled
children in her mixed methods study as “tired ramt’s The mothers who participated in this
study reported significantly higher levels of ohijee than subjective burden demonstrating
that mothers perceived parenting a child with aldigy in terms of socio-cultural

constraints rather than emotional distress. Thetlfeat this study included both physically
and intellectually disabled children may accounttfe difference in the findings.

Hauskov-Graungaaret al (2011) provide a temporal dimension on the expegeof
parenting a child with a severe disability. In addgudinal grounded theory study of parental
emotions and coping they suggest that parentsreanisly created and sustained personal
resources through a process of cognitive positeppraisal of the present conditions, and
the consequences of these conditions. The authloes this process “resource-creation” and
found it to be an integrated part of the continyingcess of coping process for parents
throughout the course of the study. Concomitantth wesource-creation parents in this
study also experienced what the authors describi@ssurce-deterioration”, either as a
result of their own despair and fear, or the inficee of external stress factors such as

exhaustion or non-empathetic health professionals.
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In summary, because of the nature of the phenoineing investigated, research into the
experience of life as a parent of a child with Hikey are small scale qualitative studies

using purposefully selected samples. These sthdies often included a wide age-range of
children amongst their samples, and included onldr broad range of both physical and
intellectual disabilities, some of which were aecgdiand some congenital. In this context the
degree to which the findings can be generalisedifspaly to young children with life-

limiting neurodevelopmental disabilities is notanle

3.7.3 Summary of Research Literature Related Meanin g and
Appraisal

Meaning and appraisal are considered bridging quedsetween family coping and family
adaptation in Family Stress, Adjustment and Adamtatheory (McCubbiret al, 1983).
Although this is not an aspect of childhood lifetting illness that has been widely explored
it had received much attention on the literatutateel to childhood disability. Findings
suggest that parents frequently describe positivegptions of their children with disabilities
in terms of the contribution the child makes batlpérsonal growth and to family life, and
that the experience of parenting a child with aldilty is characterised by state of tension

between concurrent positive and negative emotistaés and appraisals.

3.8 Synopsis of Research Literature Review
Children with life limiting conditions, regardles$ the nature or origin of the condition, have

wide-ranging, ongoing and often complex needs whplake a considerable practical,
emotional and social burden to their families aacecs. Although rarely specified as a
particular and cohesive group, evidence seemsggestl suggests that families of children
with life-limiting disabilities are subject to treame burden of care and family impact.
Providing care for these children has implicatibagond the child extending to all members
of the family and all aspects of family life andh@itioning. The burden on parents,
principally mothers, of caring for such childrerwiglely reported in published literature with
studies reporting the time and financial costs pimgsical and emotional burden of care
provision and the logistical complexities of tryitgprovide and organise care for a child

with a complex condition. However it is also regdrthat the experience of care provision
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can have a positive impact on the family. In tloatext parents have described broadened
horizons, increased awareness of inner strengtlegpahded social and community

networks.

Sibling literature reports that siblings of childreith a chronic illness experience some
negative effects compared to those who do not hasrbling with chronic illness. It has also
been demonstrated that illnesses which necesda#tetreatment regimes are more strongly
associated with negative effects on siblings tihasé that do not. Most young children with
life-limiting neurodevelopmental disabilities requdaily treatment of some kind and the
potential for adverse effects on siblings is therehighly relevant to this group. Concerns

about adverse effects on healthy siblings can agdtental stress.

Despite the primary care focus of healthcare pphod the desire of mothers to care for
their child at home, a growing body of researchdats that the healthcare system has been
consistently failing to adequately meet the neddsioh children and their families.
Consistent themes in the literature related toisemrovision to this group of children and
their families include: access difficulties, a lasfkuniformity in all aspects of service
provision and quality; bureaucracy; and a lackaohify-centred care. Stricklared al (2004)
suggest that these essential characteristics wtesrremain problematic for all children with
special health care needs. Many families of childuéh life-limiting conditions and
complex disabilities describe how in addition te time and effort required to care for their
child they expend considerable time, energy, amaiitial resources on advocacy and other
activities due to a poorly coordinated and oftereaponsive health system of service

delivery.

3.9 Limitations and Gaps in the Literature
It is acknowledged that an overlap exists betwercare required by children with life-

limiting illnesses and that required by childrerihwlife-limiting disabilities (DOH&C, 2005,
2010). The precise extent of this overlap is navikm however, as research studies focusing
specifically on young children with life-limitingeurodevelopmental disabilities and their

families are largely absent. Consequently the §ipeweds of these children and their
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families have become invisible and indistinguislkedbbm the needs and experiences of

children and families in the samples into whichythee subsumed.

In the research literature children with life-limg neurodevelopmental disabilities have
crossed the borders of studies exploring childhdwodnic conditions, childhood life-limiting
and life-threatening illnesses, and childhood dlggbWhile they potentially share features
with all of these children they also have additiang@que features which they do not share.
Similarly while they share essential features witer children with neurodevelopmental
disabilities, the complexity of their conditionscalimited prognosis marks them as unique
from other neurodevelopmentally disabled childiema result the extent to which current

research findings can be applied to this speciu of children in not clear.

There is scant information of the morbidity expeded by children with life-limiting
conditions generally, and very few studies thatehaxplored issues related to this population
of children and their families as a unique groughsquently the conclusions that can be
drawn about the specific needs of these childrertlagir families are limited, and in the
absence of empirical evidence remain at best asg@emsequently important questions that
are integral to the development of policy solutioemain unanswered in the research
literature. Specifically these gaps in the literatinclude: what is the demographic and health
status profile of young children with life-limitingeurodevelopmental disabilities? What
services do these children and their families neg@nd what access barriers do they face?
How effective are the services that these childmhfamilies receive? What can be done to
improve the health care system and delivery ofisesvto this group of children and their
families to best meet their needs? It is the ainhisfresearch study to address these deficits
and to accurately define the needs and experiaidhss group of children and their families

as a distinct and individual group.

3.10 Conclusion
Caring for a child with any health-related problemntails greater than average time demands,

care-giver burden, financial costs and employmenstraints. Research suggest that in the
context of childhood life-limiting illness, or fahildren dependent on medical technology,

these additional demands are considerable, andigaificantly affect the physical and
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psychological health of care-givers and family fimting. The degree to which these
negative impacts are caused entirely by the acdditidemands of caring for a child with
complex medical needs is hard to say as the litexas generally consistent with a stress-

process model and identifies several interveniegpfa which act to mediate the impact.

This chapter has presented a critical review ofiteeature related to, but not specifically
confined to, the population of this study. Theidiffties of terminology and definitions have
been identified, and the impact of these ambigaitie the review of the literature has been
discussed. There are still areas which need txplered in relation to this specific
population of children and their families, and thggaps in the literature have been identified,

and have been related to the research questighsatudy.
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Chapter 4: Overview of the Present Study

“Would you tell me please which way | ought to go from heesked Alice.
“That depends a good deal on where you want to get to”, tsaicht.

Lewis Carroll (2007:58Rlice’s Adventures in Wonderland
Penguin Popular Classics

4.1 Introduction
The purpose of this chapter is to provide an owswof the current study and the

methodological approach and design used, nameixedrmethods design. The study
proceeds in two phases. Phase One uses a seqegptaiatory design, and Phase Two a
Delphi design. The chapter begins by presentingitms and objectives of the study and the
research questions to be addressed. Next, an eweofithe study in its entirety is presented
(the specific methodological aspects of the diffiéfghases and stages are presented in
greater detail in Chapters five to seven which dedividually with each phase). The
relationship between the research questions anstildg methodology is explored and the
manner in which the different phases of the stadigte, both to eachother and to the research
guestions, is described.

The chapter concludes with a discussion of theaklprinciples underpinning the study as a

whole, and the application of these principlesaochephase of the study.

4.2 Aims and Objectives of the Study

The overall intention of this research is to prevaddetailed and reliable evidence base that
relates to the current health system as it pertaigsung children with life-limiting
neurodevelopmental disabilities and their famillResearch in this area is needed to provide
the premise of fact upon which any national poliyst be built, and is congruent with the
children’s’ palliative care research agenda progdseQuinnet al (2005) and Steelet al
(2008) who identify the need to explore the speq#lliative care needs of individual

populations of childhood conditions.
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The study proceeds in two phases. Phase One exph@epecific palliative care needs of

young children with life-limiting neurodevelopmehthasabilities and their families. This

phase of the study focuses on the family’s ownpeatve and has three main objectives -

To explore the palliative care needs of childrethwife limiting neurodevelopmental
disability and their families.

To explore the impact of providing care to childweith life limiting
neurodevelopmental disability on the family

To explore families experiences of the serviceslavie to them.

Phase Two of the study relates to the current prawviof services to this population of

children and their families. This second stage $eswon service provider’s perspectives, and

has one main objective which is —

To explore health care providers perceptions ostrgices currently available to

young children with life-limiting neurodevelopmehthsabilities and their families.

4.3 Research Questions.
The specific research questions to be address#telstudy are —

1.

What challenges do children with life-limiting nedevelopmental conditions and

their families commonly experience?

2. What are the palliative care needs amongst thispgod children?

What is the level of psychological distress amoagepts of children with life-
limiting neurodevelopmental conditions and whabteses and coping mechanisms
are used?

What impact does caring for a child with a life-liimg neurodevelopmental

condition have on the family?

5. What level of social support is available to thpaeents?

6. What specific factors exacerbate or amelioratenttgative impact of care provision

on families?

. Can the variables that have the most significapiaich on the family be identified?
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8. What services are available to these children hed families, and how are these
services perceived?

9. What are the agreed goals of care, from a serpieespective, for children with life-
limiting neurodevelopmental condition?

10. How well do current services function to meet teeds of children and their
families?

11. What changes are necessary to improve the cat@ldfen with life-limiting

neurodevelopmental conditions?

Research questions one to eight focuses spegyfisalthe child and family and relate to the
aims of the first phase of the study. Researchtounssnine to eleven focus on the
perspectives of service providers, and relateegcsthdy’s second phase. The research

guestions are grouped according to their partiquii@se and aim in Figure 4.1.

99



Figure 4.1Relationship of Research Questions to Study’s Rhaseé Aims

Phase One

AIM

(1) To explore the palliative care needs of chitdre
with life limiting neurodevelopmental disability én
their families.

(2) To explore the impact of providing ongoing car
to children with life limiting
neurodevelopmental disability on the family

(3) To explore families experiences of the services
available to them.

Research Questions

(L)What challenges do children with life-limitingurodevelopmental conditions
and their families commonly experience?

(2) What are the palliative care needs amongsgtioisp of children?

(3) What is the level of psychological distress amparents of children with life-
elimiting neurodevelopmental conditions and whabteses and coping mechanisn
are used?

(4) What impact does caring for a child with aifaiting neurodevelopmental
condition have on the family?

5 (5) What level of social support is available tegda parents?

(6) What specific factors exacerbate or ameliotiagenegative impact of care
provision on families?

(7) Can the variables that have the most significapact on the family be
identified?

(8) What services are available to these childrehtbeir families, and how are
these services perceived?

Phase Two
AIM

(1) To explore health care providers perceptions g
the services currently available to young children
with life-limiting neurodevelopmental disabilitiesd
their families.

Research Questions

f(9) What are the agreed goals of care, from a@es\perspective, for children with
life-limiting neurodevelopmental condition?
(10) How well do current services function to miet needs of children and their
families?
(11) What changes are necessary to improve theotateldren with life-limiting
neurodevelopmental conditions?

N
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4.4 Choice of Mixed Methods Design

The overall objectives of the study could bestd@eved by adopting a dual focus which
comprehensively considered the perspectives aneriexges of both parents and healthcare
providers. In this respect the study needed toieeinformation that was both circumstantial
and experiential, and situated both at the levesko¥ice users and service providers.
Additionally, in order that a comprehensive explana could be undertaken, the study
required the collection of both quantitative andlgative data. No single research method or
design could be found which would comprehensivelyrass all of the study’s research
guestions, consequently a mixed methods approasitin@sen on the basis that that each
method functions as a tool that is calibrated tewam specific research questions, but not
others. Gilbert (2005) suggests that while quaint#gaand qualitative research procedures can
provide different level perspectives on the sogiatld, in combination they can be used to
explore different dimensions of a problem. In a@dixnethods approach it is the research
guestion rather than an ideological commitmentp articular kind of methodology that
becomes central to the study (Bryman, 2007). Gré2d@7:118) contends that “the greatest
potential of mixed methods inquiry is the genempossibilities that accompany the mixing

of different ways of knowing, perceiving and undensling”.

Each method used in this study was chosen on #is bhits ability to address particular
research questions and aspects of the study. Qaersthyjconfining the study to only one
method would have severely curtailed its abilitgtmprehensively address all of the
guestions. The use of a mixed methods approachnsggaie contribution of this study in the
context of previous research in this area. By usinged methods, the analysis can contribute
to an increasingly three-dimensional picture ofggh#iative care needs and service delivery

to young children with life-limiting neurodevelopntal disabilities and their families.

4.5 The Mixed Methods Design of the Current Study

As previously outlined, this study proceeded in phases. Phase One was concerned with
the young child with a life-limiting neurodevelopntal disability and their family and
collected data from parents using both a postakesu{Stage One) and interviews (Stage

Two). This phase employed a sequential explanataxgd methods design.
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Phase Two of the study was concerned with the petise of service providers. This second
phase utilised a Delphi design, and involved tHection of both qualitative and

guantitative data from an expert panel of healthise providers. The following section
provides an overview of the design for each phélsese are subsequently described in detail

in Chapters five to seven.

4.5.1 Phase One: Sequential Explanatory Mixed Metho ds Design

Sequential mixed methods designs involve multiplases of data collection in which the
research purpose, and particular set of researestiqns, determine the particular sequence
(Andrew & Halcomb, 2009). Sequential designs magiliger explanatory, in which the
guantitative data is collected first followed b thualitative element of the study, or
exploratory, in which the qualitative data is cotéd first and followed by the quantitative
element of the study (Creswell & Plano-Clark, 200%) additional salient consideration in a
mixed methods design is the weight, or priorityegi to the data elements within the study
which determines the study’s theoretical drive (M49r2003). Andrew and Halcomb (2009)
suggest that in explanatory designs the weighsuslly, but not always, afforded to the
guantitative element of the study, while explorgtdesigns usually, but not always, affords

the weight to the qualitative element of the study.

A sequential explanatory design was chosen foimtipéeementation of Phase One as the
purpose of the qualitative data collected was tp Beplain, and expand upon, the findings
of the initial quantitative round. An exploratorgsign is generally considered to be more
appropriate to studies in which little is known abthe subject area (Creswell & Plano
Clarke, 2007; Andrew & Halcomb, 2009).

The goal of mixed methods research is to draw erstiengths and minimise the weaknesses
of both quantitative and qualitative approaches single study or across studies (Teddlie &
Tashakkori, 2003, 2009), with the methods chosethe basis of complementary strengths
and non-overlapping weaknesses (Johnson & Onwueg®004). In respect of this study

the structured data collection techniques of threesy with its standardised measurement
scales, brought potential strengths of quantifiegtprecision, and reliability. Alternatively

the qualitative data from parents’ interviews broug fuller, more holistic understanding of
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the experience of caring for a young child withife-limiting neurodevelopmental disability
by allowing parents their own particular perspesgiand concerns in the context of their own
experience. This is consistent with an integrateding strategy, and with the use of an
explanatory mixed methods design in which the gtativie data and their subsequent
analysis provide a general understanding of theares problem, while the qualitative data
and their analysis refine and explain the staaibtiesults by exploring participants in greater
depth (Tashakkori & Teddlie, 1998; Creswell & Pla@larke, 2007; Creswell, 2008).

Phase One of the study represents a fully mixedalés that integration occurs across all
strands of the study (Onwuegbuzie & Johnson, 2000#9.research questions are descriptive,
predictive and exploratory, representing both gtetinte and qualitative approaches, with
further integration occurring at both the samplamgl data interpretation stages. Survey data
was analysed and parents for interview purposesdlgcted from the quantitative sample on
the basis of their Impact on Family scores (descrin Chapter six). This allowed
representation of a variety of experiences andredgshat anomalies in the data could be
explained or explored in greater depth. Integraditso occurred at the data analysis stage
whereby the two stages of the phase were broughther and areas of convergence and
divergence explored [Figure 4.2]. Thus the qualigatlata provided an explanation for, and
augmented, particular parts of the quantitativeysio order to further enhance and add
depth to the quantitative data in line with the ralleobjectives of a sequential explanatory

design.
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Figure 4.2 Sequential Explanatory Mixed Methods Design fordeh@ne

Aim: To explore the palliative care needs of younddeln with life-limiting neurodevelopmental disabés and their families.

To explore the impact of providing ongoing carettom family.

To explore families experiences of the servicedlavie to them.

Sample Young Children with Life-Limiting Neurodevelopmizh Disabilities and their Families

Stage One
Parents Survey
Standardised Data
Collection Instruments

A

Quantitative Data
Collection & Analysis

A

Research Questions
(1) What challenges do these children and theiili@commonly
experience?
(2) What ate the palliative care needs?
(3) What s the level of psychological distress agsbiparents & what
resources and coping strategies are used?
(4) What impact does caring have on the familyinit
(5) What services are available and how can thesmeived?
(6) What level of social support is available togrds?
(7) What specific factors exacerbate or ameliottaempact on family?
(8) Can the variables that significantly impacttba family be identified?

Stage Two
Parents Interview

Semi-Structured.

A\ 4

Outputs
Numerical Data

SPSS Dataset.

~
Data Convergence

Converge data to explore similarities &

::> differences <::

Increase comprehensiveness
J

A
Outputs

Textual + Numerical Data

Combine to provide a comprehensive

account of the child & family’s
experience
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4.5.2 Phase Two: Delphi Design
Linstone & Turoff (1975:3) describe Delphi as “athmad for structuring a group

communication process so the process is effeatiadlowing a group of individuals, as a
whole, to deal with a complex problem”. Delphi vadmsen for the second phase of the study
as the method is consistent with the aim of expfpexpert opinion. It has been widely used
as a constructive method in facilitating contro)lestionale group communication to develop

knowledge for decision making (Du Plessis & Hunm2007).

Although widespread use of Delphi has resultedaimous approaches, all applications
describe common features of the technique, narhablyittinvolves a series of sequential
guestionnaires or rounds, interspersed by contréledback, designed to elicit the most
reliable consensus of opinion amongst a panel péres (Turoff, 1975; Dalkey, 1969; Meade
& Moseley, 2001; Du Plessis & Human, 2007). Théntegue is based upon the assumption
that combined numerical estimates of participavitsivs would, in general, lead to more
reliable estimates than estimates from a singlevichaal (Murphyet al, 1998), or as Dalkey
(1969:v) succinctly puts it “based upon the prentiise two heads are better than one”. The
Delphi process followed in this study is outlinedFigure 4.3. The phase is described in

detail in Chapter Seven.

It is not usual to see Delphi incorporated intoiged methods study, nor is it identified as
part of any traditional typology mixed methods desi However, it may be argued that
Delphi itself contains many of the essential feaswf a sequential exploratory mixed
methods approach particularly where, as oftenas#se, qualitative data is collected at the
outset and forms the basis of the quantitative tipregaire used in the iterative rounds as is

the case in this study.
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Figure 4.3 Delphi Design for Phase Two

Research Questions
1. What are goals of care for children with life-limig neurodevelopmental disabilities?

2. How do current services achieve these goals?

3. What changes are necessary to current servicayptove the care of children with life-
limiting developmental disabilities?

Inclusion Criteria
- (1) Health professional with at least 2 years eigmee of providing
Selection of Expert: | ——» care to children with life limiting disabilities.

(2) Have a professional health-related qualifigatio

Individual Interviews (n=3)
Identify items / statements for inclusion in questiaire.
Question statements drafted.

Delphi Round 1 > Questionnaire posted out to panel of experts.

e Participants score agreement or
disagreement with statements on a 5 point
Likert scale.

Analysis of Round One Data.

Redistribution of Questionnaire
Repeat questionnaire posted to panel (identicfisiobut
incorporating first round responses).
Delphi Round 2 —> . . .
Panel asked to consider first round responsesritegbof group
opinion.
Analysis of Second Round Data
Redistribution of Questionnaire
Delphi Round & > Repeat questionnaire posted to panel (identictisibut
incorporating second round responses).
l Panel asked to consider second round responsestiext of group
Results analysed for opinion.
agreement /
consensus Analysis of Third Round Data.

|

Report Results

Adapted from Jones & Hunter 1995
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4.6 Integration of the Study Phases

Integration is a critical feature of any mixed nueth study (Johnson & Christensen, 2004,
Johnsoret al, 2007). Onwuegbuzie and Johnson (2004) proposes$isantially any research
design occupies a place on a continuum from noediw fully mixed, with the exclusive

use of either a quantitative or qualitative apphoaccupying one end of this continuum and
fully mixed methods the other. They suggest thily fmixed methods designs represent the
highest degree of mixing research methods andnasearadigm characteristics. Fully
mixed designs involve using both qualitative andrgiative research within, or across, one
or more of four components in a single researctlyst{a) the research objective; (b) the type
of data and operations; (c) type of analysis; adype of inference. Alternatively in

partially mixed methods, the quantitative and datiie phases are not mixed within or
across stages. Instead both elements are conarittied concurrently or sequentially in their
entirety before being mixed at the data interpretastage. The integration of Phase One has
already been described and involves integratioosscall four components of the study,
which constitutes a full mixed methods design agicgy to Onwuegbuzie and Johnson’s
criteria (2004).

Phase Two is not fully integrated with Phase Oneesthe two phases address different
research questions, and different samples are Despite this, the phases are integrated at
the level of the overall aim of the study (desadilie Chapter One), and the findings of both
phases are integrated in Chapter Eight in ordeémierall conclusions can be reached and
recommendations made. In this respect the studyathwenstitutes a partially mixed
methods design. The integration of the differeraga@s of the study is presented in Figure
4.4,
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Figure 4.4Integration of Study Phases

Phase One-Service Users Phase Two- Service Providers
Sequential Explanatory Design Delphi Study
(Research Questions 1 -8) (Research Questions 9-11)
Aim of Phase OneProvide a Aim of Phase Two:Provide a
comprehensive description of the| comprehensive description of goals
palliative care needs of children of care, current service provision
with life-limiting and improvements required.
neurodevelopmental disabilities &
their families.

Analysis of Data from Stage Analysis of Data from Stage
One Two

!

Integration of Data from Phases One and Two

Overall Aim of the Study: Provide of a reliable evidence base that relatevidence base thal
relates to the current health system as it pertaigsildren with life-limiting
neurodevelopmental disabilities and their families.

The previous sections of this chapter have desttive overarching mixed methods design

of this study. In order to achieve its aim and agrsits research questions the study proceeds
in separate phases. However, the overarching desitye study was informed by certain
ethical principles which guided its conduct throumith phases. The remainder of the chapter

discusses these principles and their applicatiadhegmverall study.

4.7 Ethical Issues in the Design of the Study

At a general level this study deals with areas tvhiave been designated as sensitive topics
in healthcare. Lee (1993:4) defines sensitive mebeas “research which potentially poses a
substantial threat to those who are, or have beeolyed”. Sensitive contexts pose
particular pragmatic challenges for researchers jmsuch contexts there is an increased

onus on researchers to be aware of their ethispbresibility to research participants (Lee,
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1993; Renzetti & Lee, 1993). In addition, the gap@nts in this study fall into a category
designated as a “vulnerable” research populatiank(& Phelan, 1996; Guralnik & Leveille,
1997) which suggests that they are at greatefitiarm or exploitation if sound ethical
principles are not adhered to. Finally, it has b&eggested that poorly designed research is
inherently unethical since it wastes subjects’ tand energy if the results are less than useful
(Iphofen, 2009; Israel & Hay, 2009; Strohm Kitche&eAnderson, 2011).

This research proposal was submitted for reviewsadcientific merit and ethical
acceptability to the Ethics Committee of DublinyQitniversity. It was submitted in three
separate parts (independently for parents’ suryayrgnts’ interviews and Delphi) with
ethical approval obtained from the committee inaadbe of proceeding with each phase.
Permission for use of the quantitative data cdbecinstruments was obtained from the
individual, or institution, holding the copyrightrfthe particular scale. This was not required
for the General Health Questionnaire-28 [GHQ-28} aspublicly available, and was

purchased for use in this study, from GL AssessrhtChiswick High Road, London.

Essentially most ethical guidelines for conductiegearch are based upon the principle of
respect for participants’ human rights, and adbetgosition that research involving human
subjects must not violate any universally applieadthical standards (World Medical
Assembly [WMA], 1964; Council for International Gugisations of Medical Sciences
[CIOMS] & WHO, 1993). In order to comply with thgosition certain ethical principles
were used as a framework to guide the researchketharresearch process. This framework
included the principles of respect for the perdmmeficence and nonmaleficence; and
fidelity and justice ((Beauchamp & Childress, 208irohm Kitchener & Kitchener, 2009).

The application of each of these principles todbleduct of the study is discussed below.

4.7.1 Respect for Persons
The fundamental ethical consideration incorporatetie principle of respect for persons

relates to the issue of personal autonomy (Beaugt&@hildress, 2001; Strohm Kitchener
& Kitchener, 2009). This principle requires thabvsle who are capable of deliberation about
their personal choices should be treated with @dpe their capacity for self-determination,
and that persons with impaired or diminished cdjpplsihould be protected. Autonomous
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individuals make decisions that are “free from bathtrolling interference by others and
personal limitations, such as inadequate understgnthat prevent meaningful choice”
(Beauchamp & Childress, 2001:58). In this conteid required that researchers obtain
“informed consent” from participants before condlugta research project. Israel and Hay
(2009) suggest that the concept of informed conseplies two related activities:
participants’ first need to comprehend, and sed¢oraree voluntarily to, the nature of the
research and their role within it. Consequentlpiinfed consent places on obligation on the
researcher to provide potential participants with felevant information on the research
project, and can be considered voluntary only énabhsence of actual or implied coercion of

participants.

4.7.1.1 Autonomy & Informed Consent of Participants in Phase One
Before making a decision about whether or not ttigpate in this study all potential

participants were issued with an Introductory Liefiig@opendix B] and comprehensive
Information Booklet [Appendix C] which provided fuletails of the study including the
requirements of participants should they agreestmizolved. The booklet also included a
contact telephone number and email address faesearcher. Participants were encouraged
to contact the researcher if they required anytawtdil information or wanted to discuss any
aspect of the study before making a decision alvbether or not to participate. All of the
documents intended for participants (letters, beiokhd consent forms) were reviewed by
the National Adult Literacy Association [NALA] aralvarded the Plain English Mark. This
ensured that they were as comprehensible and #@ueess possible to all individuals.

Given the sensitive nature of the study questioesalid not accompany the Information
Booklet for parents. Parents, who after readingrif@mation booklet returned a completed
consent form [Appendix D], received a copy of thedy questionnaire by mail [Appendix

E]. The voluntary nature of participation was engited in all correspondence, as was each
participant’s right to withdraw from the study aiyetime without explanation or penalty.

Information about the interview stage of the stu@gs included with the letter accompanying

the postal questionnaire [Appendix F]. This simipiiprmed participants that the researcher

was also seeking individuals who would be williegdiscuss their experience of caring for
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their child and the services available to them fixther information was included at this
stage for fear of overburdening participants angicey confusion about what was being
consented to. Instead participants were askedumra second consent form if they were
willing to be contacted by phone to discuss paséton in the interview stage [Appendix GJ.
It was emphasised that this consent form indicatégl that they were willing to be contacted

to discuss potential participation, and was noseohto be interviewed.

If participants agreed, and were selected for ve@r (as outlined in Chapter 6), they were
telephoned at a time they had specified as conmerideiring this telephone conversation
participants were informed of the purpose of thierinew, the topics to be discussed, and the
process of conducting the interview. Any questipadicipants had were addressed. Verbal
consent to be interviewed was obtained over the@hand a convenient time and place
arranged to conduct the interview. Participants tfleeeived a confirmatory letter which
reiterated the information already provided, arduded a telephone number on which they
could contact the researcher if they changed th&id about being interviewed. Written
consent was obtained from all interviewees in adeasf conducting the interview

[Appendix H].

Participants for this study were recruited throtlgh Jack and Jill Children’s Foundation
charity (described in Chapter Five). Initial infaation was posted directly to potential
participants through the Foundation. It is sugge#tat the use of such sampling frames may
provoke anger and anxiety in potential participaaitsl that recruitment of participants
through such an agency may influence the tonespioreses (Lee, 1993; Renzetti & Lee,
1993). However great care was taken to emphagiartipants that the research project was
being conducted independently of the Foundationthatithe Foundation had no
involvement in the study beyond agreeing to thealisheir database as a sampling frame.
This point was accentuated in the information bekhe letter accompanying the survey,

and again in advance of the interviews with pgrtiais.

In addition, it was emphasised that participatiothie study was entirely voluntary.

Participants were reassured at every stage tha wWauld be no negative consequences for
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those who chose not to participate, or for those décided to withdraw from the study

before its completion.

4.7.1.2 Autonomy & Informed Consent of Participants in Phase Two
Participants for the Delphi expert panel were rigeduithrough a combination of purposeful

and snowball sampling (discussed in detail in Géraeven). Unlike Phase One participants
this was not considered a vulnerable research ptpa) nor was the topic of investigation a

particularly sensitive one.

Potential participants received a letter outlining details of the study and inviting
participation [Appendices | & J]. A contact numlber the researcher was included should
any additional information be required. Those whead to participate by returning a
completed consent form [Appendix K] received instians and a postal questionnaire for
Round One [Appendices L & M]. The recruitment afficipants to both phases of the study

is discussed in detail in subsequent chapterseothibsis.

4.7.2 Beneficence and Nonmaleficence
The concepts of beneficence and nonmaleficencefaae interlinked and refer to

researchers’ ethical obligation to maximise besefitd minimise harms to research
participants (Israel & Hay, 2009). In an attempb&dance the risk of harm against the
potential benefits that may accrue from participatiesearchers need to consider several
factors: these include the particular kinds of h#émat may occur; how likely these are to
occur; the ways in which these harms can be migichiand the ways of maximizing both
short and long term benefits (WMA, 1964). It is gaally accepted that risks and benefits
should be balanced and shown to be in a favoralile (Beauchamp & Childress, 2001,
Strohm Kitchener & Kitchener, 2009).

While some purely scientific research may havepittential to cause physical harm to
participants, in social science research the cdrafdparm is generally most likely to involve
psychological distress, discomfort, social disadage, or invasion of privacy (Israel & Hay,

2009). This study deals with sensitive areas whrehprivate to participants and may be
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emotionally charged. Subsequently either, or batihe two stages of Phase One
(quantitative and qualitative) could potentiallyspaa psychological or intrusive threat to
participants. In this respect a plan for the suppod protection of participants was

developed at the outset of the study.

4.7.2.1 Protection of Study Participants.
Because of the nature of the phenomena being igastl it was possible that the GHQ-28,

used as part of the survey questionnaire, wouldtifyeparticipants suffering from high
levels of psychological distress. It was planneat,tbhould this occur, the identity of the
participant would be traced using the unique ideatiion code assigned to individual
guestionnaires. The researcher would then corttadhtlividual by phone to assess the
situation. If necessary permission would be so@igim the participant to contact the
appropriate primary care services for additionglpguit. It was not necessary to enact this
plan during the study.

The researcher who conducted the qualitative irmeivhad extensive experience of
interviewing and supporting vulnerable families amdividuals. She was experienced in
dealing with the emotive issues that can arisendunome interviews. On conclusion of each
interview the participant was given contact dettitsthe researcher should they wish to later
discuss any aspect of the interview or the intevpeocess. Where interviewees became
distressed during the interview (as happened getbases) they were offered the option of
discontinuing the interview or of taking a breall. declined and wished to proceed. After a
difficult interview, the researcher remained weind provided support to, the interviewee as
needed. A follow-up telephone call was made twasdater to check how the individual was
doing, provide additional support, or refer thetiggrant to their primary care services if

appropriate and agreeable. No participant requeetral to additional services.
No plan for the support of participants in the Delphase of the study was developed.

Participants in this phase were expert health psid@als giving their opinion of service

provision. This stage of the study was low risk ancharm to participants was anticipated.
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4.7.2.2 Maximising Benefits for Study Participants.
The concept of beneficence is more elusive in $sciance research and Israel and Hay

(2009) suggest that researchers have tended temate on acting to avoid causing harm to
participants rather than acting to benefit therher€é were no direct benefits to participants
for being involved in this study beyond providitgin with a platform and an opportunity to
express their opinion and experiences. Howevenfgph(2009) suggests that to be
beneficence can entail a wide range of actionsidich improving understanding of the
phenomena, or providing indirect benefits in therfof social policy in the topic area. The
overall objective of this study is compatible wiktis broader view of the concept of

beneficence.

4.7.3 Fidelity & Justice
In general, the principle of Justice refers toeattgcal obligation to treat each person in

accordance with what is morally right and proped & give to each person what is due
them. In social science research however it istes® with the relationship between the
researcher and participant and more to do witlethatable distribution of both the burdens
and benefits of research participation (Stronmté@teer & Kitchener, 2009). In contrast, the
principle of Fidelity is at the core of the relatghip between social science researchers and
research participants and involves the concepust.tBeauchamp and Childress (2001:312)
propose that fidelity “justifies the obligation agt in good faith, to keep vows and promises;
fulfill agreements and discharge fiduciary respbitiies”. The concept of fidelity

commonly implies two activities. One of these i tibligation of veracity (Beauchamp &
Childress, 2001), the second the promise of confidity (Strohm Kitchener & Kitchener,
2009).

Beauchamp and Childress (2001:284) equate venatty‘comprehensive, accurate and
objective transmission of information”. It involvése concepts of truth and the absence of
deception. Comprehensive and truthful informatiaswerovided to all participants in this
study, in a timely manner, and an accessible farAdaof the study participants had both
telephone and email contact details for the rebearand any questions or requests for
information were promptly and respectfully respahtte The study involved no deception of

participants. Participants were informed that, ccm@pleted, it was intended to publish the
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study findings in a peer-reviewed journal and pnésiee findings at a conference.
Participants were reassured on the measures takgaderve their anonymity and no
participant objected to this use of their data.patticipants were also given the option of

receiving a copy of the findings.

4.7.3.1 Privacy & Confidentiality of Participants
Anonymity was possible at varying levels dependipgn phase of the study. Several factors

impacted upon this. In the context of parentsitigided the relatively small population

from which the sample of parents was drawn, anc#mepling frame used to identify
participants. In the context of the Delphi it ageioluded the small and elite number of
experts from which to draw the sample, and the sadivmethod of sampling used to

identify the expert panel. Despite this, every gfiwas made by the researcher to remove, as
far as possible, the opportunities for others wude participants identity from the compiled

data.

Acknowledged and justifiable exceptions exist t® kinds of information that can be
considered confidential in policy and practice (Begamp & Childress, 2001). Before
consenting to participate in the study all parteifs were informed that confidentiality

would be broken in the case of a concern abousafety of a child in accordance with the
researcher’s legal responsibility (Government efdnd, 1991). In such a case the researcher
is obliged to bring this to the attention of théwary service provider in order that the case
can be followed up. This was not an issue duriegstndy. The steps taken to ensure
participants privacy and confidentiality will nove loliscussed independently for each phase

of the study.

Completed parents survey questionnaires contaioedformation by which participants
could be identified beyond a unique identificatemde which allowed identification by the
researcher. This code was required for two reaswssy to allow the identification of
individuals who may have required additional suppsroutlined above; secondly to allow
data from the questionnaires to be matched witniew data. All data returned in the
guestionnaires were treated as confidential. Drata paper questionnaires were transferred

into a secure, password protected computer progeammch was in the sole custody of the
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researcher throughout the study. When not in usectdmputer was stored in a locked
cabinet in the researcher’s office. Paper questimaes were stored in the same manner.
Access to computerised data and paper recordswa#atze only to the researcher and her

academic supervisors.

Parents’ interviews were recorded on an iPod. Onptetion of each interview the recording
was uploaded onto the computer that containeduheyg data and secured in the same
manner. Audio recordings were then deleted fromRioel but remained as voice files on the
computer hard-drive. As with the survey data thes\available only to the researcher and
academic supervisors. Interview transcripts wevergthe same unique identification code
and the parents’ survey. All identifying informatiavas removed from interview transcripts

including names, locations and named servicessbitutions.

In the context of the Delphi panel in Phase Twaabse this study explored a highly
specialised area with a limited numbers of avadabperts, and used a snowballing
sampling strategy, it was possible that participaould logically deduce who their fellow
respondents were. In such situations participaamsat remain fully anonymous to each
other, although responses should be handled sthéiabriginator cannot be identified,
thereby retaining the anonymity characteristicthefDelphi (Vernon 2009). McKenna
(1994a) uses the term “quasi-anonymity” when tispoadents may be known to each other

but their judgments and opinions remain strictlgr@ymous.

Delphi interviews were treated in the same mansgraaents’ interviews described above.
Delphi questionnaires were assigned a unique iftlgatton code so that subsequent round
guestionnaires with personalised feedback coulgrbeded to individual panel members.
All Delphi data were stored on the same computdrsatured in the same manner as data

returned in Phase One of the study.

In line with the requirements of Dublin City Uniggly all data records must be retained for a
period of five years following completion of anyidy. Paper records will be retained in
locked storage as described for this period. Vbles will be transferred to CD and stored

with paper records. Once this has been perforniediak files will be deleted from the

116



computer hard-drive. All computer records and Clishwe erased, and paper records

shredded, when the five year deadline has expired.

4.8 Conclusion
This chapter has discussed the overarching pgrtieded methods design of the current

study. The rationale for the choice of a mixed radthapproach has been provided, and the
design has been related to the aims of each indiVidhase, and to the research questions

that the study aims to address.
While the individual phases are discussed in greltail in Chapters Five to Seven the

ethical principles on which the study as a wholeased, and the application of these

principles to each phase of the study, have besusised.
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Chapter 5: Phase One, Stage One: Parents’ Survey &
Findings

“Aw, people can come up with statistics to prove anythingtKen
Forfty percent of people know thaig]".

Homer Simpson quote from episodédmer the Vigilanté
Written by John Swartzwelder, Directed by Jim Reardon
Original air date in North America 6th. January 1994.

5.1 Introduction
The overall mixed methods design of this study thwedrationale for its choice has been

discussed in the previous chapter. This chaptesepts a review of the specific methodology
and findings from Stage One of the first phasénefdtudy, namely the parents’ survey. The
first part of the chapter provides a brief discassif survey methodology and applies the
essential features of the method to the currenysfthe standardised psychometric
instruments for data collection are presented aswlidsed. These are referred to initially by
their full name and thereatfter, in the interestbrelvity and clarity, referred to in their
abbreviated form. The application of the study®sattetical basis to the variables explored in
the survey and the instruments used to collectidatascribed, and the pilot study is

discussed.

The second part of the chapter continues withsarggion of the manner in which the
survey data were managed. The statistical testseaxhdnalysis procedures that were
performed, and the rational for their use, arewdised. The results of the data analysis are
presented, with a synopsis of the main findings sorde preliminary discussion placing
these in the context of other published literatdrenore general discussion of the findings
from the survey will be presented in Chapter Nireere they are integrated with the findings
from Stage Two (parents’ interviews) and Phase &lphi) of the study. The limitations

of this stage of the study are also discussed.
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5.2 Survey Methodology

Survey methods are distinguishable from other reseaethods in terms of the form of data
collection and methods of analysis adopted (de V20@2), although they are not necessarily
distinguished by the techniques of data collectitnich may also be used in other research
designs (Calnan, 2007). This study uses a cros®sal; correlational design which is
described by Lavrakas (2008) as involving the ctilbe of data from a sample of individuals
at a single point in time, to determine the degfethe relationship between variables for the

possibility of making predications based upon thresationships.

5.2.1 Participants and Sampling
In survey designs the samples are not meaningfuhéhof themselves, their importance lies

in the accuracy with which they represent the tapogulation, a good sample being an
accurate and efficiently assembled model of thaufadion (Fink, 1995). The critical issues

to be addressed in designing a survey sample ase thf representativeness and
generalisability (de Vaus, 2002; Brueeal, 2008). The target population for this study was
parents of children under six with life-limiting m®developmental disabilities. The use of
specific diagnostic categories to identify partarifs for the study was rejected on the
grounds that the number of children in any paréicdiagnostic group would be too small,
and such a classification prevented the inclusicang child who had yet to receive a formal
diagnosis (which is possible in the context of weoyng children). In addition the non-
categorical approach used in the study was baséueaenet that the similarities amongst the

population as a whole are greater than the spaafiations of individual conditions.

The identification of potential participants foetstudy was complex. The lack of a national
database made it impossible to accurately assesszth of the population, which
consequently made it impossible to accurately ¢aleta sampling ratio. Accessing eligible
participants was further complicated by the faat the children were dispersed through a
variety of national services and agencies. Injtitie NIDD was considered as a potential
sampling frame, but the database did not recorel levmedical need and therefore it was not
possible to identify potential participants fronmsteource. The Neurology departments of
two major referral children’s hospitals indicatédttthey did not keep a database from which

a sample could be drawn for the study, and whig ttould provide figures for the number
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of children attending the departments on an anpasik, it was not possible to identify any
demographic, diagnostic or service-related infofomt It was also suggested that it would
be impossible to identify children who met the urgibn criteria for the study except by
manually searching the charts of all children atbeg the department and, in the context of
data protection, it would be extremely complex &ng consuming to get approval for this

to be undertaken.

Early Intervention Services [EIS] were also congdeas a potential sampling frame for the
study. The EIS provide a specialist interventiorvise to young children 0-5 and their
families who have been identified as being at fiskdevelopmental delay, and are a single
entry point for HSE and voluntary service providésafortunately EIS services are not
uniformly available in all geographical areas, gmiiteria for services are variable (for
example some EIS only take on children who areastlthree years old) and many EIS
contacted suggested that team leaders would béeymattunwilling to identify a child as

“life-limited” *

Although probability sampling would provide a stgen statistical basis for claiming a
representative sample, it was not feasible ingtudy. It is generally accepted that the
practice of sampling in social surveys remains [@oiatic in a practical sense. Moser and
Kalton (1985:41) suggest that in survey methods $hmple design is decided upon in the
light of what is practically feasible as well asatis theoretically desirable”. The realities of
social research mean that the ideal samples ame oftachievable or unaffordable with many
samples having to make do with a range of compresn(gink, 2003; de Vaus, 2002a;
Lavrakas, 2008).

Given the above difficulties this study used pugsoksampling to identify and recruit
potential participants. The main objective of agmseful sample is to produce a sample that
can be logically assumed to be representativeeoptipulation (Lavrakas, 2008). Participants
for the study were recruited through a charity eerprovider — the Jack and Jill Children’s
Foundation. The Jack and Jill Children's Foundhaica registered Irish children’s charity
which provides early intervention home respiteatmilies of children with severe

3 Personal communication June 2008
* Personal communication August 2008
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neurodevelopmental delay and palliative conditi@tpiiring extensive medical and nursing
care, up to the age of five. The Foundation pravitigtional coverage of their services and
has a mean annual referral rate of 150 familieskvtiiey estimate represents 80 - 85% of all
children born annually with life-limiting neuroddepmental conditions. Informal
discussions with a significant statutory servicevier to the target population corroborated
this estimate suggesting, based upon the numbsildfen who are referred to their service

from the Jack and Jill Children’s Foundation, ttet estimate is broadly accurate.

5.2.1.1 Inclusion Criteria
The expert opinion of health professionals expeeenn working with the target population

was sought in relation to developing inclusionesia which would indicate a life-limited
neurodevelopmental disability. As a result of thesesultations families were eligible to
participate in the study if they met the followiagteria —

» Spoke fluent English.

* Were caring for a child, under the age of six,@nh.

* The child had a developmental delay. This may heegxed by either a diagnosed
neurodevelopmental disability or failure to mees agpropriate developmental
milestones.

* The child had a medical diagnosis, or complex nadieeds, suggestive of a limited
life expectancy. These medical needs may include -

0 Children who are sustained by dependence on madieavention and
related technology (for example, tracheostomy isgess ventilation / enteral
or parentral feeding / administration of intravesaiugs /O2 dependency).

o Or children who are likely to have any of the faling problems over the
next year of their life: recurrent pneumonia orestrecurrent severe
infection; seizure activity that is difficult to ntrol; pain that is difficult to

control.

5.2.2 Sampling Procedure
The Jack and Jill Children’s Foundation supportsaup50 children and families throughout

Ireland at any given time. Analysis of the Founoia database indicated there were 123
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children and families who met the criteria for umbn in the study. This suggested that the
total national population of children and familigko would potentially have been eligible

for inclusion in the study if a comprehensive sanmgpframe existed would be in the region
of 154. This constitutes a relatively small populatiorushan (2006) suggests that for small
populations, defined as less than 1000, the reselaneeds a large sampling ratio of at least
30%. Consequently all children and families who thetinclusion criteria were asked to
participate in the study. Assuming a responseabB8®% for completed questionnaires
suggested that 46 questionnaires would be includdte final analysis. This assumption was
based on the response rates reported in studiesvexyin the literature review (Curranal,
2001; Olsson & Hwang, 2006; Thurstenhal, 2011).

In view of the sensitivity of the subject and tlemftdential nature of the database, names of
potential participants were not passed to the reegaam. Instead the Foundation forwarded
an introductory letter and information bookletgtiential participants on behalf of the
researcher [Appendices B & C]. The independenctbheoktudy from the Foundation was
emphasised in the introductory letter. Familiesengesked to return a completed consent
form to the researcher if they agreed to takeipattie study. The consent form offered
parents the option of completing a postal quesagrror completing the questionnaire over

the phone with the researcher if preferred [Appeimi

Parents who returned a completed consent formvetaither a self-administered postal
guestionnaire or completed the questionnaire dwetdlephone depending upon their
indicated preference [Appendix E]. All questioneaicontained a unique identification code
that could be linked to the consent form so thatigppants were identifiable to the
researcher. This was necessary for two reasostyfir allowed for survey and interview
data to be linked in the final stage of data anslysecondly it allowed participants
demonstrating high levels of psychological disttesse identified and contacted by the
researcher so that appropriate action could bentdikequired. Completed questionnaires

were returned directly to the researcher in a pid-pnvelope.

® Based upon the Foundations corroborated estirateheir database represents approx. 80% of igib
children and families.

122



In order to maximise response rates to the sunayyrof the principles of Dillman’s
“Tailored Survey Design Method” were applied to stedy (Dillman, 2002: Dillmaset al,
2008). However some elements of the design werempmiemented, for example the
guestionnaire did not accompany the informationkbetcand consent form posted in the first
mailing. This decision was taken in the context tha subject matter was relatively
sensitive, and it was considered to be intrusiveetad the questionnaire without preparation
of participants. In addition, it was hoped thatcqdee preparation, and the salience of the
topic, would improve response rates. Only one rderietter was sent to participants, which
was posted four weeks after the original survepalticipants did not then return a

completed questionnaire no further corresponderasesent.

5.2.3 Data Collection
Social survey measurement is not error free. Fo(2@09) suggests that the procedures used

to conduct a survey will have a major effect onlitkelihood that the resulting data will
accurately describe what they are intended to desc8imilarly the validity and reliability of
instruments used for the collection of data wiNéa profound effect upon the survey itself
(Bruceet al, 2008). Bourque and Fielder (2003) recommendwinginever possible
guestionnaires be either adapted or adopted frber studies. They suggest that there are
multiple advantages to such a strategy, partigulartelation to self-administered mail
qguestionnaires, including: the instruments andeschhve been developed and tested; the
selection of possible answer categories has alrfeady established and tested; instructions
have been developed and tested, and they allowcddémted to be compared with the
findings of prior studies. All of the standardigesi/chometric instruments used for the
collection of data in this study have been widedgdiand extensively tested in clinical

practice.

Quantitative data were collected using a varietgugstionnaires. These included: (1) a
researcher-developed instrument designed to gdémographic data, and data about current
level of need and perceptions and experiencesraérmiuservices; (2) the Measures of
Processes of Care- 20 (King, Rosenbaum & King, X988 the General Health
Questionnaire- 28 (Goldberg & Hillier, 1979): (4etMultidimensional Scale of Perceived
Social Support (Zimegt al, 1988): (5) the Impact of lliness on Family Sog@éein &
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Reissman 1980): and (6) the Coping Health Invenfmryarents (McCubbiat al, 1983).
These instruments were chosen in association héhheoretical framework underpinning
the study which was discussed in Chapter One.isrctintext both the Researcher-Designed
Questionnaire and the Impact if lliness on Familgls provide information on the non-
normative, cumulative, internal and external swesgexperienced by the family. The
Measures of Processes of Care- 20, General Healkti@nnaire- 28, and Multi-dimensional
Scale of Perceived Social Support measure tanggbtaurces which may help ameliorate
family stressors, while the Coping Health InventfatyParents provides information on both
effective and ineffective family functioning andjastment to the demands of the child’s
condition. The relationship of the constructs meadin the study to the study’s theoretical

basis is included in Appendix N.

5.2.2.1 Researcher-Designed Questionnaire.
The researcher designed questionnaire was develogedvide the data required to set the

context for the study. This included an exploratwdthe current medical needs of the child,
the services that the child and family have avélab them, and parent’s perceptions of how
current services function or might be improvedmi$éancluded in the questionnaire arose
from reviewing the literature and consultation watimicians in the relevant field. As this

was a new instrument, addressing several distspas of care, expert advice and opinion
on its development was also sought. Expert nurses the fields of intellectual disability
nursing, paediatric neurology, and homecare niggesialising in the care of children with
neurodevelopmental disabilities and complex mediealds were consulted. In addition to
assisting with the development of the questionrthisepanel of experts critiqued initial

drafts and reviewed the final document for contetidity.

The questionnaire consisted of 21 questions andiwated into two sections. Section One
consisted of eight questions, and collected denpitgcadata and data related to the morbidity
experienced by the young child with a life-limitingurodevelopmental disability. This data
related specifically to the difficulties and sympi® experienced by the child, and the
parent’s perception of how well these difficulteasd symptoms were controlled or managed.
Questions in this section of the questionnaire wéysed or multiple-choice, with space

provided for parents to include additional textcanmentary if they so required.
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Section two of the questionnaire consisted of 1&stjans and focused on the services
available to children and their families, and onepis’ experiences of engagement with these
services. This section also included closed andiphelichoice questions and again additional
space was provided for parents to include any smpghtal information they felt was

relevant or important.

5.2.2.2 Measure of Processes of Care-20 [MPOC-20]
The Measure of Processes of Care [MPOC] is a meadgdamily-centered behaviours of

health care providers (King, Rosenbaum & King, 1)9%6s a self administered, parent
completed questionnaire. The instrument was orilyigi@veloped to examine the way in
which care is delivered, and the impact that tarsise delivery has on children with
disabilities and their families. The original MP®@s a 56-item inventory having five factor
analytically determined scales; Enabling and Pastrip; Providing General Information;
Providing Specific Information about the Child; CGdimated and Comprehensive Care for
the Child and the Family; and Respectful and SupgoCare.

More recently the MPOC has been refined to a shartd improved version — the MPOC-20
(King, King & Rosenbaum, 2004). This version retaiihe same conceptual structure of the
five scales that reflect the essential featurdamily-centred services, but the number of
items was reduced and changes made to the forrdatianity of response options. The new
shorter scale was validated using both the origRRDC-56 data set (653 parents) and a new
independent sample of 494 parents. The psychanmwperties of the MPOC-20 were
shown to be as good as the original instrumenigusia existing data sets. Cronbach’s
coefficient alpha was obtained for each of thelissales (range .77 - .88), and test-retest
reliability analysis yielded interclass correlatiomefficients ranging from .81 - .86.
Concurrent validity was assessed by correlatingtROC-20 with a Client Satisfaction
Questionnairer(= .36 - .59) and with a single item stress vaddbk -.33 - -.49). On the
independent sample of parents the Cronbach’s aipiged from .83 - .90. Intercorrelations
among the five subscales ranged from .56 - .87lzem@ were statistically significant
correlations between the MPOC-20 and scores oflibat Satisfaction Questionnaire
[CSQ] and the Measure of Beliefs about ParticipatitoFamily-Centred Services [MBP-
FCS] scales.
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The MPOC-20 rates responses on a 7 point Likele saaging from 1 ot at all to 7 —to

a very great exteniA scale score is obtained by computing the méaineorating of the

items within each individual scale. Subsequentiyhe@spondent yields five scores, one for
each of the instruments five subscales. There tstabscale score as the authors considered
it more clinically informative to examine the retatship of individual scales to other
variables (King, Rosenbaum & King, 1997).

5.2.2.3 General Health Questionnaire-28 [GHQ-28]
The General Health Questionnaire [GHQ] (GoldberHi&ier, 1979) is a widely used self-

administered screening instrument for the deteafanrange of psychological disorders
mainly in the anxiety / depression spectrum. Itaaons itself with two major classes of
phenomena: inability to carry out one’s normal fiimes, and the appearance of new
phenomena of a distressing nature. The original Gt a 60-item inventory although more
recently several scaled versions of the instrurhawé been developed and validated. This
study uses Goldberg & Hillier's (1979) 28-item szhlversion of the GHQ [GHQ-28].

The GHQ-28 is a self-report measure developed @bdsis of the results of principal
components analysis of the GHQ-60. It consist®of Subscales: somatic symptoms,
anxiety and insomnia, social dysfunction and degioes(Goldberg & Hillier, 1979;

Goldberg & Williams, 2006). Each item consistaeking whether the respondent has
recently experienced a particular symptom or itétnetaviour on a scale ranging frdess
than usuako more than usualConfirmatory factor analysis confirmed the sulesca
groupings. Construct validity of the instrument vaasessed by correlating the subscales and
the total score with Clinical Interview Schedulertatic symptoms, = .32; anxiety &
insomniaJ = .67; depression & despondency .73). It was not possible to examine the
validity of the social dysfunction subscale sinagngs of social dysfunction were not made
in the interviews. In addition to Goldberg and Ieifls report (1979) several subsequent
studies have analysed the validity and reliabdityhe GHQ-28. Most recently the scale has
been investigated as part of the WHO study of pshodical disorders in general health care
(Goldberget al 1997, Werneket al2000) and found to be reliable, valid and roblike

GHQ-28 has been extensively tested in practiceverse populations.
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Goldberg and Williams (2006) propose several wdyscoring the scale including simple
Likert scoring whereby a weight of 0,1,2,3, is gasid to each column; a “modified” Likert
scoring whereby the items are scored 0,0,1,2, a GElfing System involving weighting the
column 0,0,1,1, indicating the presence or absehtiee symptom / behaviour, and a
discriminant function analysis — a method of sogmvhich assigns each item a weight
directly in proportion to its discriminatory powekn analysis of results obtained by the
different scoring methods indicated the GHQ andptenhikert methods to be the most
efficient and equally effective. This study used #imple Likert method as the GHQ method
considers only the number of symptoms and therefpeesents an “area” measure, while
the simple Likert method is a composite measurempassing both area and intensity. In
addition this was the scoring method originallydisethe validation of the instrument
(Goldberg & Hillier 1979), and has been demonstratebe equally as effective as the GHQ-
method by Goldbergt al (1997). A total scale score of 23/24 was iderdis the best
threshold, in terms of the specificity (78.5) aedstivity (79.8), to determine cases using
the simple Likert scoring method (Goldbegal, 1997).

The 28-item version of the GHQ8 was chosen forghigly as it has proven to be a
psychometrically sound instrument that has beemhyitksted in clinical practice. It has
proven to be less time consuming and simpler tdousequally as effective as longer
versions and more complex methods. In additiopravides more information than other

versions of the GHQ which give a single score.

5.2.2.4 Multidimensional Scale of Perceived Social ~ Support [MSPSS]
The Multidimensional Scale of Perceived Social SupfZimetet al, 1988) is a self-report

measure of subjectively assessed social suppagts@ale was designed to measure the
perceived adequacy of social support from threecesu family, friends and a significant

other. It has been extensively tested in reseattimgs with a variety of population groups.

Zimetet al (1988) originally proved the scale to be a vahd aeliable measure using a
sample of 275 university undergraduates. Confirnyaftctor analysis of the scale confirmed
the 3 subscale groupings. Cronbach’s coefficigottalwas obtained for each of the 3

subscales (Significant Other= .91, Familyo = .87 and Friends = .85) and for the scale as
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a whole ¢ = .88) indicating good internal consistency, agst-retest values ranged from .72
- .85 indicating good stability. Construct valid@fthe MSPSS was assessed by correlating
the subscales with the Depression and Anxiety sesof the Hopkins Symptom Checklist
(r = - .25). Additional support for the MSPSS as kdvand reliable measure was later
demonstrated in more diverse populations (Zietet, 1990; Cecikt al, 1995; Stanely, Beck
& Zebb, 1998; Clarat al, 2001; Bruweeet al, 2008).

The MSPSS consists of 12 items which are rateds®van point Likert scale ranging from 1
very strongly disagret 7very strongly agreeThe instrument is scored by summing the
individual item scores for the total and three sakesscores, and dividing by the number of
items. Each respondent yields four scores, onedoh of the subscales and a total scale

score. Higher scores reflect higher perceived $saport (Zimeet al 1988).

Social support has been examined from a variepeda$pectives and there are a multitude of
social support measurement scales available. HavieeeMSPSS was chosen for this study

as it has proven to be a self-explanatory, simplgse, time conserving and psychometrically
sound instrument. These were important featurésarrontext of this study, where a number

of other instruments were being administered samgously.

5.2.2.5 Impact of lliness on Family Scale [IFS].
The Impact of lliness on Family Scale [IFS] wase&leped as part of a longitudinal study of

chronic illness in childhood in an attempt to qufgrthe impact of this complex domain on
the family unit (Stein & Reissman, 1980). The gimestaire was designed to be used as

either as a self-report measure or as an interviadministered instrument.

The IFS has undergone several refinements sindevslopment by Stein and Reissman
(1980). Stein and Reissman’s original version eflffS was a 24-item scale yielding a total
score measuring total negative impact and fourcalbscores measuring financial impact,
family / social impact, personal strain and mastariernal consistency reliability of the
scale and subscales yielded an Alpha Coefficier@®for the scale as a whole, and a range
of .60 - .86 for the four subscales (Stein & Reigsn1980). An additional six items

measuring impact on siblings were deleted fronotiginal analysis because of missing data
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on 50% of the respondents who either did not halwerahildren or had only infants, making
the sibling items inapplicable. Subsequent analyibe scale using data provided from
other research projects provided substantial eceléor the generalisability of the

instrument.

Following subsequent analysis of the use of theungent in practice, Stein and Jessop
(1985) revised the original scale to a 27-itemes@ath an additional 6-item sibling subscale.
The 27-item scale yields a total score and foursaaves that measure impact on various
components of family life. These subscales inclig=anomic Burden, Social / Familial
Impact, Personal Strain, and Mastery, a positivses®f mastery which may emerge from
coping with the stress. Internal consistency was for the scale overali€ .83 - .89), and
subsequent analysis also documented that theesnsibn the original scale that asked about
siblings did in fact from a separate subscate.72) (Stein & Jessop, 2003). The 1985
review again presented both a one-factor and factef solution. The one-factor solution
represents a total impact scose §8) which contains the 19 items relevant to thgimal IFS
with the exception of the positively worded mastiéeyns. The four-factor solution yields
scores representing general negative impact (fGsjte.83); disruption of social

relationships (9 items, .82), financial impact (3 items,59) and coping (4 items,.63).

More recently, following further revision and rewi®f all preliminary data published using
the IFS Stein and Jessop (2003) revisited thee&2i-gcale to further investigate its
psychometric properties. Based upon the indeperad@lysis of three large data sets using
more diverse samples they propose a one factatefitbscale representing general negative
impact on the social and family system.83 - .89) and a second weaker factor-based set o
items for financial impacto(.68 - .79) and coping / mastery.@6 - .52). Stein and Jessop
(2003) advocate that the original scale be replagetiis one factor 15 item total impact
factor, and that the revised financial subscaleaiginal sibling subscale be retained as
supplementary measures when necessary. This reséadlstructure was supported by
Williams et al (2006) who performed an independent factor amnalysthe IFS and found

that the psychometric properties of this revisedeswvere sound when used with a different

illness population from that of Stein and Jess@9&).
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This study administered the 27-item IFS in ordet #il variations of the instrument could be
checked for their reliability in the study sampteldhe most reliable version of the
instrument used for the analysis of data. Respdedank each item on a four point Likert
scale ranging from 1strongly agredo 4 -strongly disagreeThe total score along with the
three subscales — financial impact, social impadt@ersonal strain — measures the negative
effect of the child’s illness. Negatively wordedris are reversed (i.e. items for these three
factors are recoded in the opposite direction abhilgher scores signaled higher impact).
The exception is the coping / mastery subscalehiciwhigher scores indicate greater
perceived coping (Stein & Jessop, 2003).

5.2.2.6 Coping Health Inventory for Parents [CHIP].
The Coping Health Inventory for Parents [CHIP] ¥5aitem instrument designed to measure

parents’ responses to the management of familydifen they have a child who is seriously
and / or chronically ill (McCubbiet al, 1983). Forty five coping behaviours are listed an
parents are asked to rate how helpful the copergstwere to them in managing the home-
illness situation. The scale yields three subssebees which indicate specific coping
patterns. These include: maintaining family intéigrg cooperation and an optimistic
definition of the situation (19 items); maintainiagcial support, self-esteem and
psychological stability (18 items); and understagdhe medical situation through

communication with other parents and consultatigh wedical staff (eight items).

The instrument demonstrated good internal congigtesith alpha values of .79, .79, and .71
for the respective subscales, and the subscaledated significantly with the Moos Family
Environment subscales indicating criterion validitycCubbinet al, 1983). Each item is
ranked using a four point Likert scale ranging fromnot helpfulto 3 -extremelyhelpful
Subscale scores are obtained by obtaining the oighe total of the scores for each item in
the subscale. There is no total scale score (Mciwdilal, 1983; 1996).

The CHIP has been widely used in research studiated to both acute and chronic
childhood illness and with families of children twidevelopmental disabilities which provide
further evidence for the reliability of the instrant (Failla & Corson Jones, 1991; Ray &
Ritchie, 1993; Woods, Himle & Osmon, 2005; Hobdlal, 2007; Hsielet al, 2009).
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5.2.3 Pilot Study
Pilot testing is one of the most critical aspedta successful survey operation as it provides

a safeguard against the possibility that the maimey may be ineffective (Lavrakas, 2008).
In any particular survey there may be aspects spécithe population, the subject matter or
the data collection methodology that affects thiétalof the data collection procedure to
perform as intended (Polit & Tatano-Beck, 2009).skloand Kalton (1985) propose that the
most valuable function of a pilot study is to tést adequacy of the questionnaire and the

data collection plan.

The questionnaire is one of the critical componenehieving high quality in a survey.
Responses may be sensitive to the wording, formaptacement of the questions (Kalton &
Schuman, 2002; De Magt al, 2002). Foddy (2002) suggests that questionnairesid be
tested for comprehension difficulties, perspectagspted by respondents, and difficulties
posed by cognitive tasks in order that revisionseinements can be made that would
eliminate or reduce problems encountered duringpiloé test. All of the documentation
intended for participants in Phase One of thisystudre reviewed by the National Adult
Literacy Association [NALA] and awarded the Plaindish Mark. This ensured they were

as accessible as possible for intended users.

There is little consensus amongst researchersregrds to the size of the pilot study.
Moser and Kalton (1985:51) propose that “the sim @design of the pilot survey is a matter
of convenience, time and money”. Five families weesen to participate in the pilot for the
current study. Although this is a small numberdkeision was made in the context of the
small size of the overall population, and the thet the pilot participants were not being
included in the sample which further reduced thelper of potential participants for the
main study. Families were purposefully selectedpfticipation in the pilot from the
sampling frame previously described. They werecseteon the basis that they met the
inclusion criteria for the study, were able anding to review and critique the
documentation for the study, and were availableetcontacted if any clarification of their

commentary was required.

During the pilot all documentation for the studyswaviewed. This included introductory

letters, the information booklet, consent formg] eaminder letters. Participants in the pilot
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also completed all data collection instruments, &ack asked to provide criticism or
commentary regarding the structure and conteritefjiestionnaires. They were also asked
to indicate the time taken for completion of thesfipnnaires and their ease of completion.
The goals of the pilot study were to assess: tieea@e time required to complete the
guestionnaire, the clarity of items, clarity oftingtions and the adequacy of the format.
There were no major problems identified in the tskndy. Minor revisions were made to the
wording and sequencing of some questions but tivese not so extensive as to necessitate

re-piloting the instruments.

5.3 Data Management and Analysis Procedure
The following section discusses the managementaatysis of data. This includes the

numerical data from the quantitative instrumentsl #ne textual data from the open-ended

questions in the researcher-designed questionaadd1SPSS.

5.3.1 Management and Analysis of Quantitative Data
Survey data from all of the data collection instamnts were coded according to the authors’

instructions. Coded data from all questionnairesevesitered into SPSS® version 17. Data
were screened for errors using descriptive stesisti check the data file for values falling
outside possible range for each variable. Folloveioigening of the data, and before any
analysis was undertaken, reliability estimates vperdormed for each scale and subscale.
The Cronbach’s alpha values computed for eacheofiétta collection instruments in the
sample are presented and discussed independetitly Findings section of this chapter.
Where indicated both total and subscale scores gadcealated for each scale in order that
comparisons could be made with the normative vatapdrted by the scales developers, and

with scores reported in the published literature.

In order that the most appropriate statisticaktesuld be performed, data distribution for
each scale and subscale was assessed using mssogith a normal distribution curve
overlaid to check whether data violated the assiompof normality. Skewness and kurtosis

values and a Kolmogorov-Smirnov statistic were cote@, and normal and detrended Q-Q

132



plots and box plots were examined. Only completa dats were included in the final data

analysis, subsequently the number of respondeptstes] in analyses differs.

The approach to data analysis depends upon thédispesearch questions or objectives
being examined (Calnan, 2007, Brwteal, 2008). The appropriate choice of a statistical
method depends on the extent to which the assunspdibout the characteristics and quality
of data associated with the method can be met (R0B3). Descriptive statistics including
frequency distribution tables, means, and standavéations were computed to summarise
the data. Although the sample was relatively snaaiti participants were not randomly
selected, the data were sufficiently normally distred to warrant the use of parametric
techniques. Streiner and Norman (2008) suggesbtiatal data can be analysed with
parametric tests unless it is severely skewed enteirakas (2008) suggests that parametric
tests are robust to fairly small violations of asptions of normality. In this context, and
relative to the fact that parametric tests werercomy performed in similar studies using
these data collection instruments, parametric te@ste used to analyse the quantitative data

in this survey.

In keeping with the theoretical underpinnings @& #tudy, the total IFS score was considered
the dependent / outcome variable. Pearson’s pradaatent correlations were used for
bivariate analysis to explore the strength andctioa of relationships between the total IFS
score and the study’s other continuous variablessAommon in social science surveys the
significance level was set at .05 (Streiner & Nann2008; Agresti & Finlay, 2009). This

level of significance controls the Type 1 erroerbbwever the small sample size does not
eliminate the possibility of type 1l errors occugi(Salkind, 2010; Levrakas 2008).
Independent samples t-tests were used to testfferathces in IFS scores depending upon
whether the child experienced specific health poid, and whether the family has a named
person to coordinate care in the services. Fir@ilg-Way Analysis of Variance (ANOVA)
tests were used to test for differences in mearstiefies between diagnostic groups, the ages

of other children in the family and the marital amdployment status of respondents.

Multiple regression analyses were performed inteemgot to identify predictor variables for
overall negative family impact. Haaét al (1995) suggest that in using regression analysis a

important decision has to be made regarding thebeumf predictor variables to include in
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the equation. There appears to be no definitivevan® this issue with different authors
proposing differing guidelines depending upon thgle size (Stevens, 1996; Tabachnick &
Fidell, 2006). While Tabachnick and Fidell (200&)28uggests that an optimum set of
independent variables is the smallest reliablepuetated set that “covers the waterfront”
with respect to the dependent variable, Stever836(¥2) recommends that “for social
science research, about 15 subjects per predictoreeded for a reliable equation”, in this
context the sample in this study (n=63) allowedeiploration of a maximum of four

predictor variables.

There are three major analytic strategies in mltipgression (Haiet al, 1995; Tabachnick
& Fidell, 2006) with differences dependent upon theppens to overlapping variability due
to correlated independent variables, and who détesithe order of entry of independent
variables into the equation. Standard multipleesgion analysis was performed in this
study. In this model all independent variableseartered into regression equation at once
with each evaluated in terms of what it adds toptteeliction of the dependent variable that is
different from the predictability afforded by afie other independent variables (Tabachnick
& Fidell, 2006). The model was chosen for this gtad the basis that the lack of underlying
theoretical principles on which to base entry ef ithdependent variables in to the equation
out ruled the use of hierarchical regression, a@pv@ise regression was not suitable on the
basis that it can produce a solution that doegeoneralise beyond the sample unless the
sample is large (Tabachnick & Fidell, 2006).

5.3.2 Management and Analysis of Open Ended Questio ns
Montgomery and Crittenden (2002) suggest that dhiesobasic measurement problems in

survey research is the coding of open-ended qumssthccording to Lavrakas (2008:140)
textual content analysis as it relates to surveya research method that is applied to the
verbatim responses given to open ended questiaorslér to code those answers into a
meaningful set of categories that lend themselvdsrther quantitative statistical analysis”.
Green and Thorogood (2009), and Mayring (2000)gesagthat the research question and the
characteristics of the material should have theryiin the decision about adapted methods

for text analysis.
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Open ended questions were transcribed into Mictd§ofrd®. Although these questions

were included in the survey in order that partinigacould, if desired, expand their views or
provide additional information, the purpose of gsalg this textual data was to merely
describe the views of respondents. Consequentlggheoach to analysis in this study was
descriptive rather than interpretative. Additiogablecause the textual data obtained from the
open ended question were shallow, and supplemetatdéing quantitative data, in-depth

analysis was neither indicated nor possible.

Neuman (2006:323) suggests that there are botltajuad and quantitative versions of text
analysis and that in quantitative text analysisesearcher uses objective and systematic
counting and recording procedures to produce a ricat@escription of the symbolic
content in a text”. Textual data in this survey vanalysed using this manifest and latent
coding framework described by Neuman (2006). Ia fbrm of content analysis the answers
provided to each open-ended question were expfordtie occurrence of recurrent concepts
or themes. The themes were counted, recorded asdmied numerically as the number or
percentage of responses occurring within each thevhere responses were specific in
identifying an issue this was considered a mandedt, for example “appointments can be
very inflexible — don’t allow for the fact that ydwave a very sick child” [I.D.55] was coded
“inflexible services”. Where this issue was impligdhout specifically being mentioned it
was considered a latent code and also classifiéidféesxible services” for example

“You are given a number of respite hours at tharbreégg of the year. In the past the

person nominated to do the hours was not in aipngib do all the hours allocated.

There was no one else to do the remaining hourg.are not allowed to carry over the

un-used hours to the following year” [I.D.57]

In some instances the textual data supplied byggaahts were not necessarily relevant to
the particular question being answered, but werg nedevant to the subject matter of a later
guestion. In these situations the text was trarefieio the relevant subject area as described
in Figure 5.1. This procedure was performed in otdat all data could be included in the
final analysis, and to ensure that no informaticovgled by respondents was lost or

discounted.
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Figure 5.1 Example of Manifest & Latent Coding of Open-Ende$iions

Q.191f you encounter obstacles to obtaining servickatvweffects do these have on family life?”

I.D. TEXT CODE ASSIGNED

Life can be hard enough without feeling the resemtnthat Personal Impact[psychological
my child has not been counted. This affects mygreakbeing| — life can be hard; resentment;
04 and | have been through ups and downs. My othéafreimi have ups & downs].

have worries and are worried about when or if lentvgo to | Causes worries for other
hospital as | am their primary carer. children in family.

Everything is a waiting game. You have to find thihgs for | Transferred to Q18. Explanation
yourself and deal with it. of obstacles encountered.

You have to learn things fast, especially medicaigs that
13 we have no training in.

It can be stressful and frustrating when you atesnce what | Personal Impactpsychological
is the right thing to do stress; frustration; uncertainty]

Another hassle. It takes time to make calls, wetters etc. Practical Issues—[burden of time
I'm a nurse so | know how the system works butauid be | consumed; having to know the
14 more difficult if you had no background. We haveethother | system]

small children and we are so busy. Family issues— [time taken from
other children].

Frequency statistics reported in the analysis ehepnded questions are presented as the
number and percentage of times a concept or theaseaported in response to a specific
question. As respondents often reported more tharconcept, and the number of
respondents to individual open-ended questionsvalagble, the percentages and numbers

presented are not consistent with the total nuraberspondents.

5.4 Survey Findings

The following section reports the results of theadmalyses described above. The reliability
of the data collection instruments in the sample thie implications for the study is presented
at the outset. Descriptive statistics of the samapéethen presented followed by a summary
of the key patterns that emerged. Inferential ftia are presented followed by a summary of
the patterns that emerged from this analysis. Kitlaé regression analysis is presented and

discussed.

5.4.1 Response Rate
One hundred and twenty three families who metnbkision criteria for the study were

identified from the Jack and Jill Children’s Foutida database. Five were selected for the
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pilot study which resulted in 118 families eligifg inclusion in the main study. All 118
families received a letter inviting participatianthe study, together with an information
booklet explaining the details of the study andrgrguirements of participants. Seventy five

parents (64%) returned consent forms agreeingraipate.

From these 75 parents, 63 completed questionnagssreturned including five surveys
completed by phone with the researcher. This reptes 84% of those who agreed to
participate in the study and 53% of those originalentified as eligible for participation.
Forty five parents also agreed to be contactedhdydsearcher in relation to participation in
a follow-up interview (68%). Telephone participamsre not asked to participate in follow
up interviews on the basis that they had alreadyrituted a considerable amount of time to
the study.

5.4.2 Reliability of the Scales and Subscalesinth e Sample
The reliability of each scale and subscale wassasskeusing Cronbach’s alpha. Alpha levels

> 0.7 were considered “good” according to the datset by Streiner and Norman (2008).

The reliability of each scale is discussed indepetig below.

5.4.2.1 Measure of Processes of Care-20
The reliability of the five subscales of the MPOQC+2 presented in Table 5.1 indicating that

the scale is reliable in this survey sample.

Table 5.1Reliability of MPOC-20 in the Sample

Measure of Processes of Care (MPOC-20)
Subscales Cronbachis No. of Items Valid Responsep

Enabling & Partnership .8463) 3 59
Providing General Information .§P2) 5 60
Child Specific Information .7879) 3 61
Coordinated & Comprehensive Care (731) 4 60
Respectful & Supportive Care .930) 5 61
Total Scale N/A 20

Values in italics indicate the alpha values repblig Kinget al. 1996.
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The alpha values for all subscales in this samgleewimilar to those originally reported by
King et al (1996, 1997, 1999) in a sample of children witbadlilities, with Siebest als
(2007) report of the reliability of the subscalesipaediatric rehabilitation sample, and with
McConachie and Logan’s (2003) assessment of tiieiment in a community services
context. Although Kinget al (1996) propose that there is no total score figritistrument
others have used and reported only the whole seditdity (Sloperet al, 2006).

5.4.2.2 General Health Questionnaire-28
The reliability of the total scale and four subssabf the GHQ28 are presented in Table 5.2,

and confirm the scale’s reliability in this surveample. Comparison with other studies in
similar populations is difficult however as studies/e either not reported the reliability of
the instrument (Tzoutt al, 2004) or employed alternative versions of the GlR@dmond
& Richardson, 2003). Lentost al (2001) use the GHQ to explore the parental manpidi
associated with childhood life-threatening illnesbat reports neither the version of the

instrument used nor its reliability in the studyngde.

Table 5.2Reliability of GHQ-28 in the Sample

General Health Questionnaire (GHQ28)
Subscales Cronbachdis No. of Items Valid Responsep
Somatic Symptoms .8479 7 62
Anxiety & Insomnia .87 Q0 7 61
Social Dysfunction .8315 7 62
Depression & Despondency 989 7 61
Total Scale .93 28 61

Values in italics indicate the alpha values repbtig Goldberg & Hillier, 1979

5.4.2.3 Multidimensional Scale of Perceived Social  Support
The reliability of the total scale and three sub=taf the MSPSS are presented in Table 5.3.

The alpha values for both the total scale and subsdndicate that the scale is reliable in the
study sample, and compare favourably with the waiaported by Zimett al (1988),
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Kazarian and McCabe (1991) and Cheng and Chan 20684 instrument was used by
Magill-Evanset al (2001) in a sample of families of children withr€eral Palsy however
the study does not report the scales reliabilitthat sample.

Table 5.3Reliability of MSPSS in the Sample

Multidimensional Scale of Perceived Social SuppoiMSPSS)
Subscales Cronbachis No. of Items Valid Responses
Family .92 (87) 4 62
Friends .93 (85) 4 61
Significant Other .96 91) 4 62
Total Scale .92 89) 12 61

Values in italics indicate the alpha values repblig Zimetet al 1988

5.4.2.4 Impact of lliness on Family Scale
Due to the various modifications that have beenariadhe IFS this study administered the

27-item IFS (Stein & Jessop, 1985) so that all bswariations of the instrument could be

checked for their reliability in the study sam@teom the various editions of the instrument

the subscales with the highest reliability in therent sample were used for subsequent data

analysis in the study. These subscales are shadalles 5.5 to 5.7 which present the results

of the reliability of the various forms of the instnent in the sample.

The reliability of the original 24-item IFS and gabscales (Stein & Riessman, 1980) are

presented in table 5.4.

Table 5.4Reliability of 24- Item IFS in the Sample

24 ltem Impact of lliness on Family (IFS)
Subscales Cronbachis No. of Items Valid Responses
Financial Impact 74 (72 4 55
Family / Social Impact .6486) 9 56
Personal Strain .6981) 6 61
Coping / Sense of Mastery .6B0Q) 5 62
Total Scale .81 88) 24 48

Values in italics indicate the alpha values repblig Stein & Riessman, 1980.
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Analysis of the Chronbach’s alpha for the Famiotial Impact subscale of the 24-item IFS
in this sample yielded an alpha of .64 in the samgbnsiderable lower that the .86 value
reported by Stein and Reissman (1980). When theti¢al statistics for this subscale were
examined the reliability of the subscale would hbgen marginally improved (to .68) by
removing the itenh sometimes wonder if my child should be treatqubtsally” or the same

as a normal childalthough this is still lower than the value onigily reported for this
subscale. A possible explanation for this is that $tudy excluded incomplete data sets from
the analysis whereas Stein and Reissman (1980%t&nu and Jessop (1985) suggest
assigning the mean of non-missing items on a paaticubscale to missing items on that

subscale.

More recent studies using the instrument have agbdr the 27-item scale, or a modified
version thereof. The result of the reliability aysa$ of the 27-item IFS in this study sample is
presented in Table 5.5. However the alpha coefftdigr the subscale Disruption of Social
Relationshipga .54) in this study is also lower than those subeatly reported in other
studies using the 27-item instrument. Examinatibtihe item-total statistics for the subscale
indicated that removing any of the individual iterasulted in only minimal improvement in

the reliability of the subscale.

Table 5.5Reliability of 27- Item IFS in the Sample

27 ltem Impact of lllness Family (IFS)
Subscales Cronbach’'sx No. of Items Valid Responses
General Negative Impact .74 (83 10 59
Disruption of Social Relationships .54 (82 9 56
Financial Impact .45 (59) 4 62
Coping .62 (.56) 4 62
One Factor Solution (Total Impact .80 (88) 19 48
Impact on Siblings .95 (72 6 57

Values in italics indicate the alpha values repblg Stein & Jessop, 1985.

The Sibling Impact subscale is retained as a sepacale as not all households contain siblings.

Garwicket al (2002) reported an alpha value of .87 for the Wison of Social Relationships
subscale of the 27-item IFS in a sample of 99 msthiéowever the instrument was modified
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to a 17 item version in their study, with the fayikocial impact subscale reduced to six
items. Montagnino and Mauricio (2004) also useditiserument to explore parental stress
and coping in a sample of eighteen parents of @olgg-dependent children with a reported
alpha coefficient of .82 for the social relationshsubscale. The management of missing data
in this study is not discussed.

The low reliability of the financial burden and @og subscales in the current sample reflect
the findings of Montagnino and Mauricio (2004). ®axk et al (2002) reported an alpha
value of .83 for a modified 2-item financial impacibscale.

As Stein and Jessop (2003) more recently advobatette 27-item scale be replaced with a
15-item scale representing general negative impatte social and family system, and a
second weaker factor-based set of items for firdmeipact and coping / mastery, the
reliability of this latest revision of the instrumtevas also tested in the study sample. The

reliability of this instrument is presented in ®@l.6

Table 5.6Reliability of Revised 15-ltem IFS in the Sample

Revised Impact of Family (IFS)
Subscales Cronbach’'su No. of Items Valid Responses
Total Impact (15 items) .78 (83 - .89 15 55
Financial Impact .58 (68 - .79 4 55
Coping .62 (46 - .52 5 62
Impact on Siblings .95 (72) 6 57

Values in italics indicate the alpha values rembtig Stein & Jessop, 2003.

In conclusion, several forms of the IFS have bemretbped, all of which were tested in this
sample before the decision was made regarding wigicdion of the scale to employ in the
subsequent data analysis. Based upon the reljatilthe various IFS scales and subscales in
the sample, the frequency of their use in othefaimesearch projects, and to facilitate
comparisons between this and other similar stuthésstudy uses the 19-item one factor
solution proposed by Stein and Jessop (1985) whehsures the overall negative impact
upon the family, and the financial impact subsddlthe 24-item IFS (Stein & Riessman,

1980). The alpha coefficient for this 19-item gaeh@egative impact subscale in the current
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sample ¢ .80) compares well with other published reportthefscales reliability in similar
samples which range from .81 (Montagnino & Mauri@604) to .88 (Stein & Riessman,
1980; Wood<=t al, 2005).

The original 4-item financial subscale was chosasr cevised editions as it had the highest
reliability in the current sample (.74 compared4® and .58). As recommended by Stein and
Jessop (1985, 2003) the sibling items were retasea separate scale. The coping subscale
was not used in the current study due to its |diab@ity in this and other studies.

5.4.2.5 Coping Health Inventory for Parents
Cronbach’s alpha values for subscales | (maintgifamily integration, cooperation and an

optimistic definition of the situation) and Il (nm&ining social support, self-esteem and
psychological stability) of the CHIP were compaeabith those originally reported by
McCubbinet al (1983) [Table 5.7].

Table 5.7Reliability of CHIP in the Sample

Coping Health Inventory for Parents (CHIP)
Subscales Cronbachdis No. of Items Valid Responses
Maintaining Family Integration .7819) 19 56
Maintaining Social Support .8079) 18 56
Understanding .68711 8 57
Total Scale N/A 24

Values in italics indicate the alpha values repbtig McCubbinet al 1983

An alpha value of .68 was obtained for subscaléuhiderstanding the medical situation) in
the current sample. Although this is acceptahie stightly lower than the value originally
reported by McCubbiet al (1983) who reported an alpha value of .71 for shilsscale.

More recently researchers have tended to modifgthée before reporting the subscale
reliability (Katz, 2002; Pei Fan Mu, 2005; Aguilafafaie, 2008). Others have reported alpha
values for the scale as a whole rather than fomitigidual subscales (Ogden Bur&eal,

1997; Leeet al 2009; Hobdelkt al, 2007). In some studies the reliability of theleda not
reported (Garro, 2004; Cavakd al, 2009).
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5.4.2.6 Implication of Reliability of Data Collecti  on Instruments for the
Findings of the Study
Good reliability in the sample was achieved for MOC-20, GHQ-28 and MSPSS.

Computed Chronbach’s alpha values for the subscaheswhere indicated the total scale,
were at least equal to those reported in the alditerature. Although the alpha value
computed for CHIP subscale 11l was slightly lowean the value reported by McCublenal
(1983) this still rounded up to the 0.7 alpha valaasidered “good” according to the criteria
set by Streiner and Norman (2008).

Variable alpha values were computed for the subsaafithe IFS depending upon which
version of the instrument was used. As previousljirted the subscales with the highest
reliability in the current sample were used in d@imalysis of the survey data. The alpha values
for these three subscales all exceeded the StramaeNorman threshold (2008).

In summary, the analyses of the individual psychoimenstruments indicated that they were

reliable data collection instruments in the curisanmple.

5.4.3 Descriptive Statistics for the Sample.
The following section provides a description anchswary of the survey data. This includes

both the numerical data from the standardised ctzltaction instruments and the textual data

from the survey’s open-ended questions.

5.4.3.1 Parental Profile and Family Composition
In common with other surveys in similar populatiding majority of respondents in this

survey were mothers (92%). Respondents rangeckifragn 23 to 53 years, and 76% were
married. 69% of respondents worked full-time in loene although only 31% of these had
given up work specifically to care for their chilin additional 6% had reduced their

employment hours to care for their ill child.
The mean number of other children in the famileysyed was 1.4. In 75 % of these
families the child with a life-limiting neurodevgimental disability was either the youngest

or only child in the family (n=45). Of these faneti 52% of respondents reported that they
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would consider not having more children becaug@ef child’s illness (n=23). Descriptive

statistics are displayed in Table 5.8.

Table 5.8Parental Profile and Family Composition.

Variable Number Frequency Valid Responses
Relationship to the Child 63
Mother 58 92.1%

Father 4 6.3%

Other 1 1.6%

Marital Status 62
Single 6 9.7%

Married 47 75.8%

Living with Partner 4 6.5%

Separated 4 6.5%

Widowed 1 1.5%

Employment Status 61
Working full-time at home 42 68.9%

Working full-time outside home 9 14.7%

Working part-time outside home 10 16.4%

Other Children in Family 61
Older children only 31 50%

Younger children only 7 11.3%

Older and younger children 8 12.9%

No other children 15 25.8%

5.4.3.2 Profile of the Children in the Sample.

The mean age of children in the study was threesy@ange = 1 — 6, S.D.=1.3). Children’s

diagnostic categories are displayed in Table 5@.ifclusion of eight children with an

unknown diagnosis supports the non-categoricalagmbr to sampling as these children

would have been excluded if a categorical appré@chbeen used.

Table 5.9Children’s Diagnostic Categories

Diagnosis No. of Children Frequency
Unknown 8 12.7%
Organic CNS Disorder 24 38.1%
Chromosomal Abnormality 24 38.1%
Degenerative Disorder 3 4.8%
Metabolic Disorder 1 1.6%
Combined CNS & Chromosoma 3 4.8%
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The children experienced a variety of problems Wisiee described in table 5.10. Forty six
percent experienced some breathing related diffi@flwhich 21% were oxygen dependent.
Fifty three percent experienced seizure activitrtyreight percent of the children in the
sample experienced some degree of pain or discanof7% of cases this was due to an
identifiable cause. 78% of the children in the skniyad difficulties associated with eating
and drinking, with 59% of these requiring some fahenteral nutrition. Fifty percent
experienced sleeping related difficulties, and9f3of these cases sleeplessness was
associated with a specific symptom (seizures, dogglapnoea or pain) or a requirement for

tube feeding.

Eighty three percent of children experienced comation related difficulties. This
included 65% who had little or no verbal commurimatand an additional 14% who were
profoundly deaf. Almost the entire sample (94%) haability associated problems, while
24% had behaviour related problems, and 73% hatihemice related problems. Additionally
41% of children had other ongoing physical problevhgch included 46% who had a
concurrent chronic physical illness and 42% whoemasually impaired. Overall the mean
number of problems experienced by children in tbdywas 5.9 (S.D.=2.2).
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Table 5.10Profile of Problems Experienced by Children in SeEmp

Difficulty Experienced Number Valid Percent Respones

Respiratory Problems 29 46% 63
Unspecified 2 6.9%

Episodes of Apnoea 2 6.9%

Oxygen dependent 6 20.7%

Mechanical assistance required 1 3.4%

Other respiratory patholody 12 41.4%

Requires frequent suctioning 3 10.3%

Aspiration 3 10.3%

Pain and Discomfort 30 47.6% 63
Unspecified / unknown cause 7 23.3%

Associated with Gastro Intestinal system 14 46.7%

Associated with Musculoskeletal System 9 30%

Problems with Eating & Drinking 49 77.7% 63
Unspecified 5 10.2%

Chewing /Swallowing difficulties 7 14.3%

Requires enteral nutrition 29 59.2%

Specific / special dietary requiremehts 5 10.2%

Unable to self-feed 3 6.1%

Sleeping Problems 31 50% 62
Unspecified 4 12.9%

Excessive wakefulness / requires sedation 15 48.4%

Related to specific symptom or intervenfion 12 38.7%
Communication Difficulty 52 82.5% 63
Unspecified 6 11.5%

Little or absent verbal communication 34 65.4%

Global developmental delay 5 9.6%

Profoundly deaf 7 13.5%

Behavioral Problems 15 24.2% 62
Unspecified 6 40%

Temper or aggressive outbursts 5 33.3%

Clinging / excessively demanding 1 6.7%

Autistic tendencies 3 20%

Mobility Difficulties 59 93.7% 63
Unspecified / Global Developmental Delay 15 25.4%

Cannot walk 22 37.3%

Hyper / Hypotonia 13 22%

Uses wheelchair 4 6.8%

Gait / Balance problems 5 8.5%

Continence Difficulties 43 72.9% 59
Unspecified “wears nappies” 40 93%

Chronic constipation 3 7%

Other Problems 26 41.3% 62
Visual Impairment 11 42.3%

Additional chronic physical illness 12 46.2%

Other 3 11.5%

NOTE - Percentage figures for each subcategory aredhgson the number of positive responses in thagosy rather than the

sample as a whole.

1 refers to all other respiratory conditions inéghgirecurrent chest infections / pneumonia / respifrequent nebulisers / asthma.
2 Includes all gastrointestinal system associatedes — abdominal pain / severe reflux / windrstipation / indigestion.

3 Includes all musculoskeletal system associatedess— muscle pain / cramps / joint pain / moverassociated pain.

4 Modification of consistency required — liquidizegureed / thickened feeds.
5 Symptoms included seizures / respiratory sympt@msgghing / apnoea) / pain / tube feeding.
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In addition to specifying the problems their chddrexperienced, parents were asked to
indicate how well they felt each of these individpeoblems were controlled using a simple
five point Likert scale (1=very well controlled 5s=very poorly controlled). Generally
symptom control did not appear to be problematiealscores for symptom control for each
individual problem tended towards the positive efthe spectrum (range from 2.0 to 3.1)
indicating relatively good control of individualsyptoms [Table 5.11]. This is particularly
true in the case of the more acute symptoms amemahedical intervention for example
breathing, seizures, eating & drinking and paire Tore chronic problems, for example
sleeping, communication and mobility, tended toehaslightly higher mean score indicating

slightly poorer management.

Table 5.11Symptom Control in Sample

Symptom / Difficulty Mean S.D. Min Max Valid
Responses

Breathing Related Difficulties 2.00 1.02 1 5 28
Seizure Control 2.39 1.31 1 5 31
Pain and Discomfort 2.45 0.95 1 5 29
Eating and Drinking 2.11 1.13 1 5 45
Sleep Related Difficulties 2.90 1.35 1 5 30
Communication Difficulties 3.03 1.24 1 5 47
Mobility Difficulties 3.00. 1.29 1 5 16
Behavioural Difficulties 3.06 1.34 1 5 54
Continence Difficulties 3.00 1.55 1 5 41

Scale range: fery well controlledo 5very poorly controlled

An open-ended question was included to providenamith the opportunity to include
additional information about their child’s partiauldifficulties if they wished. Although 39
parents (62%) responded, only 31 responses wereardl|to the particular topic of the
guestion. The remaining responses provided infdonahore relevant to the services their
child received and the impact this has on the &hddficulties. These responses were re-

categorised and analysed in the context of theaatequestion.

Of the 31 relevant responses, ten (32%) providegls straightforward factual information

expanding on the problems experienced by the éhildxample “is suffering from reflux
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which causes him to vomit quite often, hence h&ags and turns into chest infections”
[I.D. 18]. However, 48% of responses (n=15) relatethe complexity and instability of
symptoms and the consequent uncertainty that pes/fik parents. Three parents (10%)
suggested that problem complexity or problem inBtglonade obtaining outside carers very
difficult, while one mother felt that the natureladr child’s illness meant that the child’s care
was not seen as a priority by services becausy fttey come across as a waste of time and

effort because there is only so far they can g@.[0D4].

5.4.3.3 Service Usage and Perception of Current Ser  vices.
The mean number of services involved in the cahddiren in this study was 8.2 (S.D.=3,

range 3 - 16) In spite of relatively high service usage onéoimr families (26%, n=15) did
not have a named person who they could contadditianal care and support was required
and a further 9% of families depended upon a fami#ymber to fulfill this role. Where an
identified contact person was available to famitlesse came from a variety of sources and

services [Table 5.12].

Table 5.12Source of Named Contact Person

Identified Contact Person Percent Number Valid Respnses
No One 25.9% 15 58
Social Worker 6.9% 4

Unspecified Person (service named) 12.1% 7

Case Manager / Link Person 22.4% 13

Home Support Worker 15.5% 9

Community Nurse 3.4% 2

Paediatrician 5.2% 3

Family Member 8.6% 5

Parents’ experiences of services were measured asimple five point Likert scale [Table
5.13]. Although parents reported that overall theye “fairly satisfied” with the services
they received, they also indicated ambivalencerdagg several critical aspects of service

provision. These included the difficulty experied@abtaining the serviceseeded; the

® This relates to the services of professional gises (for example Consultant Neurologist,
Physiotherapy, Public Health Nurse) rather thaereegc statutory or voluntary service.
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frequency with which obstacles were encounterddying to access services; the level of

coordination between services; and the difficuftaccessing information about services.

This suggests that while in receipt of servicesiliamare fairly satisfied with the service

performance, they still experience gaps in relatoservice access, information and

coordination.

Table 5.13Parents Experiences of Current Services

Variable Mean S.D. Min Max Valid
Responses
Have difficulty obtaining services needed 3.24 1.29 1 5 62
Have difficulty obtaining information about service 3.27 1.30 1 5 61
How well do services work together 2.86) 1.30 1 g 61
Encounter obstacles to getting services 3.06 1{34 15 62
Overall satisfaction with services 2.43 1.13 1 5 63

Scale 1 =very well / very easy5 =very poorly / very difficult

Fifty three parents (84%) responded to the reqoasientify factors that work well in

relation to the services they currently receivaffStttitudes and relationships were

paramount in this respect (n = 17). The contribubbcharity services was highlighted by

thirteen parents, while eleven identified home supgpervices and eight identified the Early

Intervention Service as examples of individual @y that work well. Other factors that

parents perceived as working well included resgateices and having an assigned key

worker or link person [Table 5.14].

Table 5.14Factors That Work Well in Services

Factor Percentage of Respondents No. of Respondents
Reporting Factor Reporting Factor
Relationships / Attitudes of Staff] 32% 17
Charity Services 25% 13
Home Support Services 21% 11
Early Intervention Service 15% 8
Respite Service 13% 7
Link Person / Key Worker 11% 6
Coordination of Services 9% 5
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Conversely parents also reported the factors ktegt fielt do not work well in current services
[Table 5.15]. Fifty respondents (79%) provided mfation in respect of this issue with the
most frequently recurring theme related to servgciiction, inconsistency and lack of
funding which was reported by almost two thirdsesgpondents (n = 31). Thirteen parents
reported poor coordination of services or poor camication between services, with and an

additional five parents reporting difficulty obtang information about the services available.

Delivery of services was also reported as problenwth parents experiencing long delays
and waiting times. It was also reported that a laicétaff continuity impacted upon

continuity of care and goal attainment for childrand resulted in the failure to individualise

care appropriately. One mother commented -

“I feel at times that the services are aimed for more able-bodileleshi Those who really

need more and / or are medically challenged are not prioritisiedtyPis not a word that

should be used but it is necessary for a child like mineQUD

The lack of local specialist services and primaagecservices with expertise in the area of

children with life-limiting neurodevelopmental dishties was also highlighted by five

parents.

Table 5.15Factors That Do Not Work Well in Services

% Reporting No. Reporting
Factor Factor Factor
Service reduction, inconsistence & underfunding 62% 31
Poor communication and coordination of services 26% 13
Long delays & waiting times 20% 10
Lack of individualised care 16% 8
Poor staff continuity 12% 6
Difficult to obtain service related information 10% 5
Lack of local specialist services necessitatingloavel periods 10% 5
Bureaucracy 8% 4
n =50

5.4.3.4 Accessing Current Services

Accessing services was problematic for many respotsdn this survey with 50% reporting

that it is “fairly” or “very” difficult to obtain he services that they need (n = 31), and a
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similar proportion (47%) reported that they enceumibstacles to obtaining services
“always” or “most of the time”. Even obtaining armation about services was difficult with
almost half of respondents (49%) reporting thay fleeind this “fairly” or “very” difficult.

Forty nine parents (78%) indicated a variety oftables or challenges they encountered
while trying to access necessary services, withtdit%) using the metaphor of “battle” to
describe their encounter with services [Table 5.R6hcipal amongst the obstacles
encountered was a perceived overall lack of fundesglting in insufficient or understaffed
services. Parents also experienced delays in ahganecessary equipment, delays with
appointments and assessments, and a lack of l@@ba home based services. Ten percent
of parents commented on the bureaucracy they experiin dealing with services
particularly in relation to their child’s statutoeptitiements. This is exemplified by one
parent who reported -

“the Medical Card needs to be applied for annually — this iastew of time for me and the

HSE. [child] needs a medical card — he has a degenerative autoénthisease and Downs

Syndrome. He is not mobile and is PEG fed. He still negggen from time to time and is

on 15 different drugs. His injections alone would cogG8la day if | had to pay for it. It's
just ridiculous” [I.D. 26]

Table 5.160bstacles Encountered When Trying to Access Service

Obstacle Percentage of Respondents  No. of Respondents
Reporting Obstacle Reporting Obstacle
Insufficient or understaffed services 71% 35
Delays in obtaining necessary equipment 20% 10
Appointment / Assessment Delays 14% 7
No local Area / Home Based Services 14% 7
Bureaucracy with Entitlements 10% 5
n=49

Forty five parents (71%) reported on the impacséhgervice related difficulties have on
themselves and on family life [Table 5.17]. Thedqmminant theme in this category was the
increased personal burden which was reported bty tiwo respondents. Although social
(life-style limitations and isolation) and physi¢akhaustion and ill health) consequences

were reported, the major negative impact was pdggital. Amongst the negative
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psychological effects reported were increasedsaad anxiety, frustration and resentment,

and anger and depression. At the extreme end aipbetrum this is described by one mother

who declared that -

“dealing with services diminishes you — they make you feehsch less than you are. This

experience has completely changed me — | feel I'm not the peused lto be” [.D.40]

Table 5.17Impact of Service Obstacles on Family Life

Impact % of Respondents No. of Respondents
Reporting Impact Reporting Impact

Personal Impact 71% 32

Psychological (64%) 29

Physical (9%) 4

Social (4%) 2
Negative impact on family unit 56% 18
Direct effect on ill child’s condition 16% 5
Negative effect on relationship with spouse 16% 5
Practical issues / time consuming 16% 5
Financial impact 7% 3

n=45
Other negative effects were also reported. Thedaded a direct effect upon the ill child; a
negative effect upon spousal relationships; andbtinden of wasting precious time and
energy. A negative impact upon the family as a wai also reported which manifested as
insufficient time to spend with other childrenastred family relationships, and the

experience of a general disruption of everyday ffaftife.

5.4.3.5 Perceived Gaps in Service Provision.
Thirty four parents (54%) identified services tloeysidered would benefit their child but

which were currently unavailable to them. In 30%as$es (n=19) this related to the
requirement for a greater frequency of service<kviiere already being received, including
Physiotherapy (n=11), Speech and Language Theregiylj and Occupational Therapy
(n=7). In terms of absent services 6 parents (18¢b)essed a need for counselling services
for themselves, while 2 parents (6%) expressedi¢ieel for counselling services for siblings.

An additional ten parents (29%) expressed a neeck§pite services.
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A total of 55 parents identified changes that thelyeved would improve services for
families similar to their own in the future [TalB3€l8]. The most commonly proposed change
related to improving the availability and deliverfyservices closely followed by improved
frequency and easier access to services. One lipérants proposed the need for easier and
improved access to information. In this contexteseparents simply suggested that there
should be one single source of information on ses/and entitlements without specifying
who or where this should be, but an equal numbeciBpd that this should be a designated
key-worker who could also assist with coordinatdservices. Eight parents suggested that
families’ situations would be improved by the pion of greater home support, while six
proposed the need for better respite facilitiespgeadents also suggested that greater support
is required in the early days following diagnodish® child’s condition. It was suggested
that “These are very tough days” [I.D.18] with greent commenting

“At the time of diagnosis if more information were available #tredmanner that it was given

in and dealt with in a more personal way | feel that thefingtyears of a child’s life and that

of their parents would be more bearable” [I.D.31]

Table 5.18Factors Considered Necessary to Improve ServicEsuhailies

% Respondents No. of Respondents
Factor Reporting Factor Reporting Factor

Better Service Provision 44% 24

(Improved frequency / access) (33%) 18

(Better locally based services & exmei (11%) 6
Single source of information/ support 26% 14
Better home support 15% 8
Greater support in early days / diagnosis 13% 7
Respite care 11% 6
Greater humanism from services 7% 4
Better information on rare conditions 7% 4
Home modification 5% 3
Counselling 4% 2

n=55

5.4.3.6 Summary and Interim Discussion of Key Patte  rns
The profile of families and children in this stuidysimilar to those described in other studies

in this area (Lentoet al, 2001). Most studies involving children with lifigriting conditions
and complex health care needs report that the mistliee main provider of care and more
likely to be directly involved in the child’s rone medical care (McKeever & Miller, 2004,
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Green, 2007a; Monterosst al, 2007; Manaseri, 2008) which possible accountsherhigh

number of mothers who returned questionnaires.

The children in the sample experienced a wide rangdysical problems, and although
these incurred significant morbidity parents geleperceived symptom control to be fairly
good.

Despite parents reporting that they are fairlys$i&tl with the services they receive several
areas of difficulty relative to services were répdr These included issues of availability,
consistence, access and information. Parents guoted negative consequences, both for
themselves and for the family as a unit, relateithéostruggle to access the services they
require. There was a high level of service usagengst the respondents in this study, and a
wide variety of services and disciplines were inreal in the children’s care. Despite this, a
significant number of parents did not have a napedon that they could call upon to
organise additional care and support if requirecer@ll the service related findings are
consistent with those of other studies in this pajon (Hunt, Elston & Galloway, 2003;
Redmond & Richardson, 2003). Both the structuredeitvery of services were problematic,
with respondents reporting under-resourced anchsistent services that are difficult to

access and insufficient to meet the needs of tpelpton.

The findings from this part of the study accentubgd, in the context of life-limiting
neurodevelopmental disability, morbidity is expaded by both the child and the family and
services that respond to the needs of both aréreeqiConsequently the need for services to

adopt a family focused approach is apparent.

5.4.4 Descriptive Analysis of Standardised Data Col lection
Instruments
The following section presents a summary and detsen of the data obtained from the

standardised psychometric instruments used foratdiiaction. The skewness and kurtosis of
the data are reported to indicate the distributibthe scores amongst the sample for each
instrument used. The distribution of scale and sallesscores amongst the sample are

compared to the findings the published literatuherg possible.
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5.4.4.1 Measure of Processes of Care
Descriptive statistics for each of the four subscalores for the MPOC-20 are presented in

Table 5.19.

Table 5.19Respondents’ Scores on MPOC-20 Subscales

MPOC-20 Mean S.D Min Max | Skew | Kurtosis| No.
Enabling & Partnership 4.62 1.64 1 7 -41 -.68 59
Providing General Information 3.35 1.61 1 7 42 -.68 58
Providing Child Specific Information 3.94 1.63 1 7 14 31 60
Coordinated & Comprehensive Care 4.70 1.55 1 7 -.45 -.44 59
Respectful & Supportive Care 5.15 1.48 1 7 =77 -.19 62

Min and Max figures represent respondent’s actoailes
Scale Range: 1 rot at allto 7 =to a very large extent

Respectful and Supportive Care received the highesh score, while Providing General
Information received the lowest. Mean scores fbsabscales are slightly lower than the
normative scores reported by Kiagal (2004) in a paediatric chronic illness sample, and
those reported by Siebetal (2007a) for a paediatric rehabilitation samplee@ample t-

test suggested that there was a significant differdetween the current sample means and
those reported by Kingt al (2004) and Siebest al (2007a) for three of the MPOC subscales
including Enabling & Partnership € .03 &p = .00); Providing Child Specific Information
(p=.00 &p = .00); and Coordinated and Comprehensive Gare.Q1 &p=.00).

There was also a significant difference betweerctiteent sample mean score for the
subscale Providing General Information and the $ammpKing et afs (2004) study of
pediatric chronic illnesgp(= .00) with respondents in this sample recorditgixger mean
score. It is possible that the younger age rangditdren in this sample may be influential in
this regard as parents in this study would not les/ng a history of service involvement.
In addition the rarity of many of the diagnoseshiea study sample may influence the

availability of child specific information.
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5.4.4.2 Multidimensional Scale of Perceived Social  Support
Respondents mean scores for the three sourceppdisuneasured by the MSPSS and their

perceived overall social support are presentedahlel'5.20.

Table 5.20Respondents’ Scores on MSPSS Scale and Subscales

MSPSS Mean SD Min Max | Skew | Kurtosis| No.
Support from Family 5.27 1.55 1.25 7 -91 .00 63
Support from Significant Other 5.85 1.41 1 7 -1.88 3.84 63
Support from Friends 4.95 1.56 1 7 -.68 .00 62
Total Scale Score 5.38 1.19 1.42 7 -1.13 2.02 62

Scale 1 =very strongly disagreto 7 =very strongly agree
Minimum and maximum figures represent respondeatial scores.

Both subscale and total scale scores in this saanpleower than the normative data reported
by Zimetet al (1990). The mean score for the total scale ingamaple is comparable with
the value reported by Magill Evaes al (2001) for a families of children with Cerebral$a
(no individual subscale scores are reported ingtidy), and similar to the total scale score
reported in the same study for a “normal” contraugp. One sample t-tests indicated that
while the difference between the mean scores ssdumple was not statistically significant
from the score reported by Magill Evagisal (2001) for families of adolescents with
Cerebral Palsy in their study< -.82,df = 61,p = .42), there was a significant difference
between the mean score for the normal families agiMEvanset al's (2001) study and the
current samplet -.82,df = 61,p = .01) with the sample in this study reportingpaér

mean MSPSS total score. Alternatively the samplamie this study was significantly
higher that that reported by Skekal (2006) for mothers of children with cerebral pafsy
3.08,df=61,p=.00)

The MSPPS was the only standardised instrumerftéo r@spondents an opportunity to
provide additional information on its topic areavéinty one respondents (33%) availed of
this. Four participants simply expressed how luitigy felt to have good support systems.
Three respondents (14%) commented on the socipbsughey received from their
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“significant other”. In two cases this was to diffatiate between being generally supportive
and providing practical support, for example
“My partner is not around very much and rarely participatesyismecial-need child’s care.
Not because he does not want to but he has heavy work cosmtstrhmake all the
decisions regarding our special-need child’s care and attend {ahéwgron my own.
[1.D.04]

The third respondent suggested that support fr@mn significant other was lacking due to a
conflict in opinion around the treatment optionaitable for their child
The concept of “family support” was qualified byesthird of respondents (n = 7). Four
could not avail of family support because they wggegraphically isolated and had no
family nearby, while the remaining three responsgédeit that they did not share worries with
their families as they did not want to burden the®milarly four respondents commented
that friends “have their own lives” while an addital two respondents expressed that they
now have no time for friends. Three respondentsgented on the lack of ease or
understanding they experience from friends —
“I find my friends are also in their 30’s having their faesland are detached from the reality
of my everyday life. They are sympathetic but | feel peopleedwin on a superficial level to

what is going on. It's hard for them to really empathisagpose — often they don’t even
mention [child], it's like the elephant in the room!” [I.D4]

5.4.4.3 General Health Questionnaire
Respondent scores for the total and subscale® @&H0Q-28 are presented in Table 5.21.

Table 5.21Respondents’ Scores on GHQ-28 and Subscales

GHQ-28 Mean S.D Min Max | Skew | Kurtosis| No.
Somatic Symptoms 8.1 4.6 0 18 .33 -.76 63
Anxiety & Insomnia 8.4 4.8 0 20 .58 -11 62
Social Dysfunction 8.0 2.9 4 20 2.04 5.61 63
Depression & Despondency 1.8 3.6 0 20 3.06 11.15 62
Total GHQ-28 26 12.4 8 73 1.2 2.0 62

Scale 0 =not at allto 4 =much more than usual
Minimum and maximum figures represent respondeatiial scores.
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Comparison of GHQ-28 subscores with those obtamether studies is not possible as
there has been a tendency to focus on the preeatdraverall psychological morbidity
(Lentonet al, 2001; Tzoufiet al, 2004). Goldbergt al (1997) identified the best threshold
(in terms of sensitivity and specificity) for idéging psychological morbidity as a total scale
score of 23/24 when the Likert scoring method sduf\dopting this threshold (a total scale
score 0£>24) determines an overall prevalence of psychoddgrorbidity of 46.7%1{=29)
amongst the sample in this study. However, bectinesadoption of the cut-off point is
central to determination of prevalence, and becptsdous studies have either not specified
the cut-off point (Lentoret al, 2001), or employed a different version of the GHQoufi et

al, 2004, Redmond & Richardson, 2003), meaningful gamsons of the prevalence of
psychological morbidity between this sample aneép#tudies is impossible.

5.4.4.4 Impact of lllness on Family Scale
The mean scores for each IFS subscale used inthent study are presented in Table 5.22.

Table 5.22Respondents’ Scores on IFS Scale & Subscales

IFS Mean S.D Min Max | Skew | Kurtosis| No.
One Factor Solution (19-Item Total 55.96 8.11 37 71 .30 -.56 48
Impact)
Financial Impact 11.33 3.03 4 16 -.29 -.40 55
Sibling Impact 18.46 7.73 6 24 .56 -1.19 57

Minimum and maximum figures represent respondeatial scores.

Although the scale is limited by the lack of a desited clinically significant threshold, the
mean score is at the high end of the range of piatestores (potential range of scale = 19 —
76). Meaningful comparison with other publishedarp in similar samples is difficult due to
the many variations of the scale used, or the noadibns made to the scale by researchers in
previous studies (Sheeber & Johnson, 1992; Dodgsah2000; Garwiclet al, 2002; Hsieh

et al, 2009). The normative data published by Stein 8sdp (1985) used the 24-item version
of the IFS scale.
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In studies that have used the 19-item version &R8,sample t-tests indicate that the mean
IFS score in the current sample is not signifigadifferent than the score reported by Wright
et al (2005) in a sample of families of children withr€leral Palsyt(= .39,df = 47,p = .67).
However the sample mean in this study was sigmflganigher than that reported by
Montagnino and Mauricio (2004) for families of arén dependent on medical technolagy (
= 5.35,df = 47,p = .00), and the score reported by Woetlal (2005) for families of
children with tic disorderg € 17.37,df = 47,p = .00).

The mean financial impact subscale score is sinoléine score reported by Stein &
Reissman (1980), but comparisons with later stualiesneaningless in the context of the
various forms of the subscale used and modificatioade to it. Examination of the
individual items on the financial impact subscalehis sample demonstrated that 44% of
parents (n = 28) either agreed or strongly agreatithe child’s illness causes financial
difficulties for the family.

The mean sibling impact score tends towards the éngl of the range of potential scores
(potential range of scores 6 — 24). A one sampasttindicated that the mean sibling impact
score in this study is significantly higher thaattheported by Stein & Jessop (1985) in their
sample of families of children with a range of afimoconditions (== 5.23,df = 56,p = .00).

Sibling impact is not explored in any of the ladtudies.

5.4.4.5 Coping Health Inventory for Parents
Coping patterns were measured according to the thatterns of the CHIP. The mean scores

for each coping pattern are presented in Table 5.23

Table 5.23Respondents’ Scores on CHIP Subscales

CHIP Mean S.D Min Max | Skew | Kurtosis| No.
Coping Pattern | (Maintaining Family 41.48 8.08 20 57 -.19 .04 56
Integration)
Coping Pattern Il (Maintaining Social 30.80 9.89 13 52 -.16 -.96 57
Support)
Coping Pattern Il (Understanding the 17.23 3.89 9 24 -.18 -.78 57
Medical Situation)

Minimum and maximum figures represent respondeatial scores.
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One sample t-tests indicated that the mean scok@dping Pattern | (maintaining family
integration) in the study sample was significahilyher than those reported by McCubbtn
al (1983) for a sample of parents of children withst@yFibrosis { = 2.47,df = 55, p = .02);
Hobdellet al (2007) for a sample of parents of children withl&sy ¢ = 3.78,df = 55, p =
.00); and Pei Fan Mu (2005) also for a sample oémta of children with Epilepsy € 4.86,
df = 55, p =.00). However, the sample mean was significaother that that reported by
Leeet al(2009) for a sample of parents of children withisa ¢ = -4.37,df = 55, p = .00),
and Failla and Corson Jones (1991) for a sampbau@nts of children with developmental
disabilities { = -3.20,df = 55, p = .00). There was no significant difference bette
mean score in this sample and those reported by C2004) for parents of children with
chronic feeding problems, or Cava#ibal (2009) for parents of children with physical

disabilities.

There was no significant difference between themseare for Coping Pattern I
(maintaining social support) in this sample anddteres reported by McCubhbgth al (1983),
Leeet al(2009), Failla and Corson Jones (1991) or Cawll (2009). However the sample

mean was significantly higher that that reportedP’yFan Mu (2005) for parents of children

with Epilepsy { = 6.00,df = 56, p = .00), and Carro (2004) for parents of childraethw

chronic feeding problems € 4.10,df = 56, p = .00). It was significantly lower that the score

reported by Hobdekt al (2007) for parents of children with Epilepsy=(-5.19,df = 56, p =
.00).

There was no significant difference between themseare for Coping Pattern 11|

(understanding the medical situation) in this sangpid those reported by Failla and Corson

Jones (1991), Carro (2004), and leteal (2009). The sample mean was significantly higher

that those reported by MCubbet al (1983) for parents of children with Cystic Fibogi= -
7.09,df = 56, p=.00), Pei Fan Mu (2005) for parents of childvéth Epilepsy { = 4.37,df
=56, p =.00), and Cavallet al (2009) for parents of children with physical digiéies. The
sample mean was significantly lower that the sceperted by Hobdekt al (2007) for

parents of children with Epilepsy.
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Although Ogden Burket al (1997) also used the CHIP to explore coping paster parents
of children with chronic & physically disabling cditions the authors report only the mean

for the scale as a whole and not subscale means.

5.4.4.6 Summary of Key Patterns from Descriptive St  atistics
MPOC-20 subscales demonstrated significant difisgsnn parents’ perception of care

processes in the current sample compared withqueviesearch in similar populations. The
significant differences between the samples mearesdor the four subscales and the
published literature indicates less favourable jodgts of the care process for each particular
subscale in this sample of parents. Providing Ganeformation received the lowest
subscale score in the sample with parents repatteagthis occurred only “to a small

extent”. In contrast Respectful and Supportive Caceived the highest mean score with

parents reporting that this is achieved “to a yagreat extent”.

The total GHQ-28 score suggests an overall preealehpsychological morbidity of 46.7%
amongst the sample. Anxiety and Insomnia had thledst subscale score, while Depression

and Despondency had the lowest.

Respondents’ reported relatively good levels oEemed social support. However the
current sample mean was significantly differenttagill Evanset al (2001) report of
perceived social support in families with “normaliildren. Support from a “Significant
Other” received the highest subscale score, whippart from friends received the lowest.

IFS scores confirm that providing care for a chith a life-limiting neurodevelopmental
disability takes a negative toll on the family, asupports the findings of previous research in
similar populations. Total negative impact scoreseneither not significantly different to, or
significantly higher than, those reported in pregstudies. Siblings also experience a
negative impact as a consequence of the familatsito, and the mean sibling impact score
in this study was significantly higher that thgpeeted by Stein and Jessop (1985). In
addition to a general negative impact on the fawilgl siblings, many families experience a

negative financial impact associated with the ciindition and ongoing care.
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Similar to previous research, the CHIP subscaleesda this sample demonstrate a wide

variety of coping strategies employed by parents.

5.4.5 Inferential Statistics
The following section presents the results of tiferential analysis of the data. Only

significant correlations are discussed in thisisactA full list of all non-significant
correlations is included in Appendix O. Correlasare referred to as smatl £ .29)
medium (.3 - .49) or strong+£ .5) in accordance with the guidelines devisedCbhen
(1992), which Field (2009) and Howitt and Cramed1(2) suggests are generally widely

accepted. The significance level was sgt€10.05.

5.4.5.1 Significant Correlations with Negative Fami |y Impact
Pearson’s product-moment correlations were perfdrim@xplore possible relationships

between overall negative family impact (total IE®re) and the other continuous variables
measured in the study including the total and salbsscores for the MPOC-20, GHQ-28,
MSPSS and CHIP. Significant correlations are priegeim Table 5.24.

Table 5.24Notable Correlations with Negative Impact IFS Score

Variable Result (1) Sig. @) N
Factors Related to the Child and their Condition
Management of sleeping related difficulties r=-33 p=.03 47

Service Related Factors
Frequency with which obstacles to obtaining sewsvi&e encountered r
Satisfaction with services received r

=.00 | 47
39 p=.01| 48

11
~
w

o
|

MPOC Subscales

Enabling & Partnership

Providing General Information
Providing Child Specific Information
Coordinated & Comprehensive Care
Respectful & Supportive Care

=-35 | p=.02| 46
=-41 | p=.01| 47
01| 47
=-33 =02 | 47
=-35 | p=.02| 47

= = = = =
1
.I
w
©
©
1

CHIP Subscales
Maintaining Social Support & Psychological Stalilit r =-31 p=.04 46
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The relationship between negative family impact tredmanagement /control of each
symptom or difficulty experienced by the child wagestigated. The management of
sleeping related difficulties was the only diffigutorrelated with IFSr(= .33,p = .03).
Although this was statistically significant, theewall correlation was weak accounting for

only 11% of the variance in the data.

Two service related factors were correlated withatiwe family impact. As might be
anticipated there was a moderate positive relatiprisetween negative family impact and
the frequency with which parents’ encountered abssawhen trying to access services for
their child ¢ = .43,p =.00) , although the magnitude of the associatrtas weak and it
accounted for a modest 18% of the variance. Sityitae positive correlation which existed
between negative family impact and parents’ satigfa with the services was also weak=(

.39,p =.01) accounting for only 15% of the varianceha data.

Each of the five MPOC-20 subscales was moderasggatively correlated with IFS scores
emphasising the importance of the care processi@liarating the negative impact on
families of caring for a child with a life-limitindisability. While the magnitude of this
association was strongest for the subscale Pray@eneral Informatiorr (= -.41,p = .01) it
accounted for only 17% of the variance in the dakee magnitude of the association was
even lower for the remaining four subscales withliimg and Partnership € -.35,p = .02)
accounting for 12% of variance; Providing Child &fie Information ¢ =-.39,p = .01)
accounting for 15%, Coordinated and Comprehensare € = -.33,p = .02) for 11%; and
Respectful and Supportive Care<(-.35,p = .02) accounting for 12% of the variance in the

data.

Only one CHIP subscale was correlated with IFSesoFhe subscale “Maintaining Social
Support and Psychological Stability” (Coping Pattd)y had a weak negative correlation
with family impact ¢ = -.31,p = .04) Like the MPOC subscales, the magnitudéisf t

association was small accounting for 10% of tha eatiance.

Financial impact on the family was significantlyradated with only two variables. This
included positive correlations with the frequenaghwvhich obstacles were encountered

while trying to access services< .34,p = .012), and with parents satisfaction with the
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services they received € .42,p = .00). The magnitude of these associations vstsvatak
accounting for 12% and 18% of the variance in thta despectively. Although there was a
small negative correlation between financial imgaed having to give up work to care for

the ill child this was not statistically significan

5.4.5.2 Significant Correlations with GHQ-28 and Su  bscales
Pearson’s product-moment correlations were perfdrime@xplore possible relationships

between the GHQ=28 and its subscales and the ctinénuous variables measured in the

study. Significant correlations are presented ibl@&.25.

Table 5.25Significant Correlations with GHQ-28 and Subscales

Variable Result (r) Sig. (o) N
Total GHQ-28 Score
Number of additional services needed r=.37 p=.00 62
Somatic Symptoms Subscale
Number of additional services needed r=.45 p=.00 61
Difficulty obtaining information about services r=.26 p=.05 61
Level of service integration r=.26 =.04 61
Anxiety & Insomnia Subscale
Number of additional services needed r=.33 p=.01 60
Social Dysfunction Subscale
Number of additional services needed r=.37 p=.00 61
Comprehensive & Coordinated Care r=-32 p=.01 61
Respectful & Supportive Care r=-31 p=.02 62

Total GHQ-28 scores in the sample correlated witly one other variable, namely a
moderate positive correlation with the number afiadnal services required € .37,p =

.00). The magnitude of the association was smabtwaating for 14% of the variance.

The Somatic symptom subscale was positively caedlwith the number of additional
services needed € .45,p = .00), the difficulty experienced in obtainindarmation about
servicesI( = .26,p = .05) and parents perception of the degree ofcemtegrationi(= .26,
p = .04). However the magnitude of these associatiaas also weak accounting for 20%,

7% and 7% of the variance in the data respectivéig. Anxiety and Insomnia subscale also
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weakly correlated with the number of additionalvgms needed (= .33,p = .01) accounting

for 11% of the variance.

The Social Dysfunction subscale was correlated thitee other variables. These included a
moderate positive correlation with the number afiadnal services needed € .34,p = .00),
and moderate negative correlations with two ofMfROC-20 subscales; Comprehensive and
Coordinated Care & -.32,p = .01) and Respectful and supportive Care {.31,p = .02).

The magnitude of the correlation with the numbeadditional services needed was
strongest, although this accounted for only 12%hefvariance. The magnitude of the
correlations with the MPOC-20 subscales was evakearewith both subscales accounting

for only 10% of the variance in the data.

The depression and Despondency subscale was melated with any of the other

continuous variables in the study.

5.4.5.3 Additional Significant Correlations
As might be anticipated total MSPSS score was natelgrsignificantly with two CHIP

subscales. These included Maintaining Family Irgggn § = .32,p = .02) and Maintaining
Social Supportr(= .30,p = .02). However the magnitude of the correlatiasweak

accounting for 10% and 9% of the variance in thta daspectively.

There was also a small positive correlation betwheriotal number of problems
experienced by children in the sample (which mayalzen as an indication of the overall
complexity of the child’s condition) and the chédige ( = .28, p = .03). Although this may
possibly suggest that the older the child getsribee problems they experience and by
extension the more complex the child’s care, teisds to be considered in the context of the
small magnitude of the correlation (8% of variant&)wever, this is supported by the
moderate positive correlation between the totallmemof problems experienced by the child
and the number of additional services required (34,p = .01), which accounted for 11% of

the variance.
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The total number of problems experienced by thileisas also positively correlated with
the frequency with which obstacles to obtaininyises were encountered£ .27,p = .04),
the overall difficulty in obtaining services £ .29,p = .02) and the level of service
coordination = .31,p = .02). There are two possible explanations fa. fhhe first is that
parents experience increasing difficulty as théddhecomes older and the care becomes
more complex. The second relates to the fact tldat @hildren enter the education system
and it may be that accessing and coordinating seswvielated to the health and education
systems that is difficult for parents. Again theserelations were weak, accounting for 7%,

8%, and 10% of the variance in the data respegtivel

No correlation was found between the impact onrgislsubscale and any of the other

variables in the study.

5.4.5.4 Independent Samples T-tests
An independent samples t-test was computed to centpa mean IFS score between parents

who had a named care coordinator available to #ednthose who did not. A significant
difference existed between the mean IFS scordseafto groups (t = -.2df = 44,p = .01).
Parents who did not have a named care coordinesdable recorded a higher mean
negative family impact score&(= 60.4) than those who di& & 57.8). However, using the
guidelines proposed by Cohen (1992), the magnitdidee differences between the groups

was small (Eta squared = .1).

The availability of a named care coordinator wa® aised as the grouping variable to
explore differences in parents mean scores onceerglated experiences. These included
difficulty obtaining services, difficulty obtainingformation about services, how well
services work together, the frequency with whichktables to obtaining services are
encountered, and parents overall satisfaction s@thiices. Significant differences in the
mean scores between the two groups were foundffmudty obtaining services (t = -2.5if
=57,p = .02) and the frequency with which obstacleshitaming services were encountered
(t =.82,df = 57,p = .05). Parents who had a named care coordinatbfdwer mean scores
for difficulty obtaining servicesX = 3) compared with those who did nét & 4), and a

lower mean score for the frequency with which teagountered obstacles to obtaining
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services & = 2.9) compared with parents who did not haveragthcare coordinatoiX(=
3.7). The magnitude of this difference was sliglgtigater for difficulty obtaining services,
however, the magnitude of the difference betweergtbups was very small for both with

and effect size .10 and .01 respectively.

Significant results are displayed in table 5.26nN@nificant t-tests are included in
Appendix P.

Table 5.26Results of Independent Samples T-test

Variable Result df Sig
Mean IFS Score t=-.2.7 44 p=.01
Difficulty obtaining services t=-25 57 p=.02
Frequency with which obstacles to obtaining sewvie t=.82 57 P=.05
encountered

Grouping variable — Availability of named care odioator

Respondents were also grouped according to whettberhild experienced individual
particular medical / physical problems (for exammdén) with independent samples t-test
used to examine the differences in mean IFS sduettlieen those who experienced a
particular problem and those who did not. No sigaiit differences were found between the
mean IFS scores in the groups relative to the eaxist of individual problems with the
exception of children experiencing sleeping diffis (t = 2.51df = 45,p = .016). Parents
whose child did not experience sleep difficultiesl la lower mean negative family impact
score X = 53) compared with parents whose child dkd<58.7). The magnitude of this

difference was very small (Eta squared = .01).

5.4.6 Regression Analysis: Predictors of Negative F amily Impact.
As previously outlined the standard model of migtigegression analysis was used to

identify predictor variables for negative familypact. Variables with the highest correlation
with overall negative family impact were examinediva view to entry into the regression
equation, these included the frequency with whigstacles to obtaining services were
encounteredr(= .43), providing general information £ -.41), providing child specific

information ¢ = -.39) satisfaction with services received(.39), and the availability of a
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named care coordinator (t = -.27). However becausgression solution is extremely
sensitive to the combination of variables thahiduded in it, and will work best when each
independent variable is highly correlated with dependent variable but uncorrelated with
the other independent variables (Tabachnick & Fi@e06; Salkind, 2010), the independent

variables were first assessed for multicollinearity

The MPOC subscale “providing general informatiordsasignificantly correlated with
“providing child specific information”r(= .53) with “frequency with which obstacles to
obtaining services were encountered=(-.27) and with “satisfaction with services’< -

.34). Parents’ satisfaction with services was datee with frequency with which obstacles
to obtaining services were encountened (60). As Tabachnick & Fidell (2006) identify-

.6 as the critical level for multicollinearity tiedependent variable “satisfaction with
services” was not included in the regression amalgibsequently four independent
variables entered the multiple regression analysifding “frequency with which obstacles
to obtaining services were encountered”, “providyegeral information”, “providing child
specific information”, and “availability of a namedre coordinator”. Table 5.28 displays the
results of the standard regression analysis. Aifhdbhe model itself proved to be statistically
significant £ = 6.73,df = 4,p = .00), it accounted for only a modest 34% ofwhgance in

negative impact on family scores (adjustéd .337).

Table 5.27Standard Regression Analysis: Predictors of Negdatamily Impact

Predictor Variable Standardised | Sig. 95% ClI Part % of
Beta Correlation | Variance
Providing General Information -17 .26 -45- 0.12 -.14 2%
Providing Child Specific -.26 .07 -0.91 - 0.04 =22 5%
Information

Frequency with which Obstacles t .25 .06 -0.63 - 3.13 .24 6%

Obtaining Services are Encounter

O
o

Availability of a Named Care .32 .02 1.21-10.6 31 10%
Coordinator.

When the unique contribution of each of the indeleen variables was examined only the
variable “availability of a named care coordinatads statistically significanp(= .02).
However this accounted for only 10% of the variaimceegative IFS scores. The remaining

independent variables were not statistically sigairft.
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5.4.7 Summary of Key Patterns from Inferential Stat  istics
In the context of the children in this study and thorbidity they suffer, only one factor

significantly correlated with negative family imgachis relates to children experiencing
sleep related difficulties, both in terms of theg®nce or absence of the problem and the

degree to which parents perceived the difficultpéocontrolled.

Service related factors that correlated with negamily impact included the frequency
with which parents encountered obstacles to olstgitiie services they needed, their overall
satisfaction with services, and all measures optleeesses of care. However the magnitude

of these associations was weak.

While there were also weak correlations betweerHE-28 subscales and several aspects
of service availability and delivery, only the nuenlof additional services needed correlated
with the overall measure of psychological morbidiiperienced by the sample (total GHQ-

28 score), but again the magnitude of this asgoniatas small.

Although the effect size was small, parents whodadmed care coordinator recorded lower
mean negative family impact scores, less difficolbyaining services and encountered

obstacles less frequently that parents who dichaeé a named care coordinator.

5.5 Main Findings from Phase One, Stage One

Although quantification of the overall impact oretfamily of caring for children with life-
limiting neurodevelopmental conditions is limiteg the lack of a specified clinically
significant cut-off point for the scale, the me&$Iscore in the sample suggests that care
provision has an overall negative family impacte Timdings suggest significant emotional
and practical stresses experienced by familiesitddren with life-limiting
neurodevelopmental disabilities, and text analgsisoborates this finding with several
aspects of family impact reported including strdifemily relationships and a general

disruption of everyday family life.
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Managing the treatment of a child with a life-limg neurodevelopmental disability involves
a complementary relationship between the healtheara and the child’s family. The survey
findings suggest that it is these process relate@dbles, and the nature of parents
relationship and engagement with services, thag lia& most significant impact on families
caring for children with life-limiting neurodevelogental disabilities. While the severity of

the child’s condition did not significantly corrédawith the negative family impact score, the
manner in which services are coordinated, theie eaccess, and the process by which they
interact and engage with parents are all signifigarorrelated with the family impact.
Although lack of services (as indicated by the namdf additional services needed) did not

directly correlate with family impact it did corege with parents’ psychological morbidity.

Parents in this survey were clearly able to diffiiege between the services they actually
receive, and their perceived overall requiremdras.although parents’ reported that they are
fairly satisfied overall with the services theymaeive and identify aspects of service
provision that work well, they also report gap®oth service provision and service delivery.
The findings suggest that current services to oéildvith life-limiting neurodevelopmental
disabilities and their families are characterisgdérvice reduction, inconsistency and lack of
funding. Coordination and communication were ideedias problematic and obtaining

information about services was identified as anoamgchallenge for parents.

Overall the findings suggest that there are ndt kegels of unmet physical needs amongst
the children in this sample, for although the al@idexperienced a significant number of
physical problems, parents generally considereskthe be fairly well controlled. This
supports the assertion that specialist palliateue services are not required for all children

with life-limiting disabilities.

Predicting family impact is difficult and the pretbr variables are nebulous. The results of
this study highlight the complexity of the expegerfor parents as they attempt to navigate
the healthcare system and access the servicesetipaiye. The findings are important as
many of the variables and issues identified asfsignt in terms of negative family impact

can be manipulated without significant fiscal insplions.
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5.6 Preliminary Discussion
This section presents a provisional discussioh@iverall findings of the quantitative data

analysis. The findings will be discussed in gredegril in Chapter Nine where they will be
integrated with those from subsequent stages ddttiay, and with those of previously

published research.

The response rate in this study compares genevilithe rates reported in the literature for
similar surveys with this population which, whepaoeed, range from 29% (Hunt, Elston &
Galloway, 2003) to 73% (Lentast al, 2001). Some studies do not report an overalloesp
rate indicating only the number of study particifggahgain, the number of participants in
this study compares reasonably well with reporigarés which range from 17 for a generic
neurodevelopmental disability population (RedmonRi&hardson, 2003), to 129 for a more
diverse comparative study of malignant and non-gnalnt life limiting childhood illness
(Monterosscet al, 2007). Based upon the number of children on #do& and Jill Children’s
Foundation database, and extrapolation of thistiomate the number of children nationally
who would have met the inclusion criteria as praslg discussed, this response rate meets
Neuman’s (2006) criteria for a sampling ratio foradl populations. The overwhelming
majority of respondent in this study were mothars] although this may be perceived as a
limitation of this stage of the study is unsurprgsin the context that often the majority of the
practical burden falls on mothers who most freqyaake care of the child at home
(Mastroyannopouloet al, 1997; McKeever & Miller, 2004; Green, 2007a; Merdsscet al,
2007; Manaseri, 2008; Nicholl, 2008).

Morbidity experienced by children in the samplsimilar to that reported by Lentet al
(2001) although Lentoat afs study did not report on symptom control. Theeextand
nature of the children’s problem indicated thaythequire highly complex care, and this is
consistent with the findings of other studies explp the care requirements of children with
life-limiting conditions and complex disabilitieR@berts & Lawton, 2001; Redmond &
Richardson, 2003; Quiret al, 2005; Steele & Davies, 2006; Nicholl, 2008). Hoee

overall the findings suggest that there are ndt kegels of unmet physical needs amongst
the children in this sample, for although they eigreced a significant number of complex

physical problems parents generally considerecettebe fairly well controlled, supporting
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the position that specialist palliative care is regjuired for all children in this population

(DOH&C, 2010). Symptom management had not beernrregan previous studies.

The current sample mean score for perceived ssgpgiort was significantly different to
Magill-Evanset al (2001) report of perceived social support in faesilwith “normal”

children. Social support from respondents’ “sigraft other” received the highest mean
score; however this should be interpreted in theeod of the accompanying textual
commentary which suggests that this may not nedBssanslate into practical help and
support in the say-to-day care of their child. &bsupport from friends received the lowest
mean score in this sample. This is unsurprisiritpéncontext that the time-consuming care
often required by children with life-limiting newtevelopmental disabilities may leave
families with little time for those outside the irediate and extended family (Alexandr

al, 2002; Steele & Davies, 2006; Murpétal, 2006; Nicholl, 2008; Manaseri, 2008) In
addition respondents’ comments in this study algmested a reluctance to burden friends
who “all have their own livésor who may be ill at ease with the complexitytioé child’'s

condition.

However, the lack of a significant correlation beém perceived social support and
psychological distress (total GHQ-28 score) or fanmpact is both surprising and contrary
to the findings of other findings. Childhood didapiliterature identifies social support as an
important factor in the stress experienced by fsibf children with disabilities (Taani&t

al, 2002; Kelso, French & Fernandez, 2005; Gliddenjigjt & Jobe, 2006; Giallo &
Gavidia-Payne, 2006; Glidden & Natcher, 2009).

It is possible that this anomaly may be a functbthe myriad of ways in which both
psychological distress and social support is caestiand measured: both Taamtaal,

(2002) and Kelso, French and Fernandez (2005) gselédative approach to describe the
construct; both Glidden, Billings and Jobe (200&) &lidden & Natcher (2009) use a
subscale of the Ways of Coping Questionnaire; Giatld Gavidia-Payne (2006) use a
subscale of the Self-Report Coping Scale; and lraused a combination of interviews and
coping scales. It may also be possible that thenitiade of the burden of practical care that
families of young children with life-limiting neudevelopmental endure may mediate the

positive effects of social support.
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GHQ-28 scores indicated that the overall prevalafgsychological morbidity in the

sample is similar to other published reports. Tzeu#l (2005) reported a prevalence of
psychiatric morbidity of 43.2% amongst fifty tworpats of children with chronic

neurological disease, while Lentehal (2001) and Mastroyannopouloesal (1997)

reported a prevalence of 53.8% and 54% respectigeiyothers of children with life-
threatening conditions. Depression and Despondeadythe lowest mean subscale score in
the sample while Anxiety and Insomnia had the rsgineean subscale scores for participants
in this study, indicating that psychological moitydn the current sample tended to manifest

as anxiety rather than depression.

Comparison of the rates of psychological morbitityhis sample of mothers with normative
data from the general Irish population is difficdite to the variety of assessment tools used;
however it would appear that the prevalence is nigher in the current sample. A recent
national study by the DOH&C (2009b), using the Mektealth Inventory-5 [MHI-5] as a
diagnostic tool reported that 7.5% of adult womestenidentified as having high levels of
psychological distress sufficient to cause a “pbddanental health problem”. Using the
Composite International Diagnostic Interview Shestm [CIDI-SF] the same study reported
Generalise Anxiety Disorder among 3% of the wonmetne survey. While a recent
telephone survey of 2,711 people using the GHQs1& measure of psychological distress
conducted by the Health Research Board [HRB] faiadl 12% of respondents had probable
mental health problems (Tedstone Dohettgl 2007).

Despite relatively high service usage over a quaitéhe families in this study could not
identify a named person to call upon to coordirsai®ices and support. Generally the service
related findings of this study generally suppodsth of previous national and international
studies in this population (Lent@n al, 2001; Kirk & Glendinning, 2002; Hunt, Elston &
Galloway, 2003; Redmond & Richardson, 2003; Tzeufl, 2005; Quinret al, 2005;
Monterosscet al, 2007). Respondents reported under-resourcedhandsistent services,
which are difficult to access, bureaucratic, arglificient to meet the needs of the

population.

Mean scores for MPOC subscales provide additiosaful summary statistics about the

relative strengths and weaknesses of current ssrwcchildren with life-limiting
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neurodevelopmental disabilities and their famillesvould appear that the strongest aspect
of current services (as indicated by the highestmseibscale score) is related to the type of
interaction and relationship services have withili@sirather than to any pragmatic aspect of
service provision. This is congruent with paremdsntification of the factors that they
consider work well in the services they receive rghrelationships as attitudes of staff was
the predominant theme. However both subscaless¢Respectful & Supportive Care and
Enabling & Partnership) are located around 5, iging that in general parents report that
services meet this neetb“a fairly great exteritsuggesting that there is some room for

services to improve in this respect.

The MPOC subscale Providing General Informatioriresd the lowest mean score
indicating that it is perceived by parents to beweakest aspect of current services. In
general parents reported that their general infaiomaeeds were met onlyd*a small

extent by current services. This supports the findingprevious studies which suggest that
accessing information is a consistent challeng@doents (Lentoet al, 2001;
Mastroyannopouloust al, 1997; Redmond and Richardson, 2003; Smith Stép&069).

The relatively low mean scores for this subscatefanthe subscale related to coordinated &
comprehensive care corroborates parents textuainents related to factors that do not work

well in the services they receive.

5.7 Strengths and Limitations of Phase One, Stage O ne

The strengths and limitations of this stage ofstuely should be considered before
conclusions can be drawn. The main strengths sfstiaige are its clearly defined sample,
both in terms of the children that were included Hre specific age range that was
investigated. In addition this study addressespaljation of children and their families that,
up to this point, have generally not been expl@®d unique and individual group. The main
limitations of this survey include the size of d@mple and the sampling frame from which it

was drawn, and a reliance on self-report measusgtominantly from the mother.

This survey used a relatively small sample. Theabs of any empirical data about the size

of the population made it impossible to performaanurate power analysis, and the sample
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size may have influenced the power of the statiftdoalysis performed. Despite this, the

sample size does meet Neuman'’s (2006) criterigdorpling small populations.

The study used the database of a national chilsi@rérity to recruit participants.
Consequently all of the respondents in this suwese, at the time of the study, in receipt of
the services of this charity. This included homesmg hours and home visits from specialist
nurses. These families therefore had additiongbstservices beyond those that may be
available to the general population of young cleildwith life-limiting neurodevelopmental
disabilities and their families. In addition theidy depended upon parents volunteering to
participate and it is possible that this may haesdd the study to better adjusted families.
However, the fact that this is a national childeecharity meant the survey obtained national

coverage rather than the site specific samplesins®dny previous studies.

All of the families recruited to participate in $hstage of the study were identified by service
providers which could potentially introduce a biat® the sample. In order to minimise this
the inclusion criteria for the study are explieibd were agreed with expert practitioners as
indicators of a limited life expectancy.

5.8 Conclusion
This chapter has provided an overview of the gtetinte stage of this mixed methods study.

The chapter began with a brief overview of quatitigaresearch and the issues to be
considered in utilising a survey approach, andgeded to place the current study in this
context. The research design, its implementatiod,issues of quality have been discussed.

The method of data analysis has been described.

The findings of this stage are generally consistetit previous national and international
research in the area. The findings support the tatvyoung children with life-limiting
neurodevelopmental disabilities require care thabmplex and skilled. Providing this care
has consequences beyond the child and impacts aspalcts of family life. Mothers report
many challenges associated with the services dlaita these children and their families

which appear to add to the overall burden of care.
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Chapter 6: Phase One, Stage Two: Qualitative
Methodology & Findings

“If scientific reasoning were limited to the logical processearitfimetic, we should not get very far
in our understanding of the physical world. One mighwel attempt to grasp the game of poker
entirely by the use of the mathematics of probability”.

Vannevar Bush (1945)
Cited in: Wardrip-Fruin N, Montfort N. (2003)he New Media Reader
MIT Press; Cambridge, MA. p.42

6.1 Introduction
Sarantakos (2005:53) suggests that quantitatiwarels can “result in “meanings” that are

closer to the beliefs of the researcher than tedlu the respondents”. Bryman (2006)
concurs, proposing that one facet of the distimchetween quantitative and qualitative
research is that the former is orientated to tleeifip concerns of the researcher and the
latter to the perspectives of the research paaitgp While the survey undertaken in Stage
One provided a quantifiable overview of importaadédts of the provision of care to young
children with life-limiting neurodevelopmental diskties and their families, its objective
nature did not permit the opportunity to develageaper understanding of parents’
experiences and perspectives. For this a more&uugenterpretavist strand was required.
In order to provide a comprehensive insight in@idsues involved in caring for a young
child with a life-limiting neurodevelopmental dishty, and to keep participants’

perspectives central to the study, an additionaliguiive approach was required.

This chapter presents the methodology and findiraya the parents’ interviews which
formed the second stage of Phase One of the ddadg.analysis and quality issues are
discussed, and the findings are presented with gwelieninary discussion. Findings are
discussed in greater detail where they are intednaith those of the other phases of the

study in Chapter Nine.
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6.2 Sampling Parents for Interview
Congruent with an explanatory mixed methods degigrents for interview in Stage Two

were selected from the respondents to the parsmtgey. Although the overarching design
for sample selection was purposive, within thisrfeavork a modified random selection

procedure was employed to select interviewees.

Participants were eligible for inclusion in thiagé of the study if they had returned a
consent form indicating their agreement to be ussved with their completed
guestionnaires and had a total Impact on FamilyesggS] from Stage One. IFS scored were
used as the basis for selecting parents as it se as the outcome variable in Stage One.
This resulted in the identification of 41 potengalrents for interview. Gillham (2005)
suggests that deciding on the number of intervienonduct depends upon whether the
technique is being used as a preliminary exployattage, or to develop a framework of
explanation. Unlike quantitative research, themoi€mpirical method for calculating the
number of participants required for a qualitatiuedy. As such, the decision was made to
initially interview 12 participants representing@8®f those eligible. This number of
interviews is generally consistent with the numdigparents interviewed in previous
qualitative studies exploring parents’ experieraigsroviding care to their child with
complex needs (O’Brien, 2001; Steele & Davies, 2@@&en, 2007a). An additional six
parents were selected, but held in reserve, toteeviewed if data saturation did not occur

with the first 12 interviews.

In order to select parents for interview the raage distribution of IFS scores amongst the
sample was inspected. IFS scores were categoriziedvampact (31 — 39); middle impact

(40 — 48) and high impact (49 — 58) and the propomf the sample in each category was
computed. Twenty percent of parents fell within lihve impact category, 51% within the
mean category, and 29% within the high impact aatedrhese proportions were used as the

basis for interview selection.
The 41 parents were allocated to the low, middleigih impact categories according to their

IFS score. From these categories two parents wedomly selected from the low category

(20%), six from the middle impact category (509l &mur were selected from the high
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impact group (30%) representing the proportionaidution of IFS scores amongst the
parents sample as a whole [Appendix Q]. An adddidtwo parents were selected from each
category to be held in reserve in case they weedet:for data saturation.

6.3 Data Collection

There are several established qualitative reseasathodologies and consequently several
methods of data collection. Wolcott (1998:10) sncty categorises three major modes
through which qualitative researchers gather tihaiia: participant observation
(experiencing); interviewing (enquiring); and stirdymaterials prepared by others
(examining). In this study narrative data wereexikd through interviews which can
facilitate rich description and detailed accouritparticipants’ experiences and perspectives
(DiCicco-Bloom & Crabtree, 2006) with interviewitngving a strong claim to being the
most widely used qualitative research method (Fglé& Thomas, 2008; Green &
Thorogood, 2009). There are many approaches tatafizg interviewing which differ in
terms of the breadth and focus of the interviewjR& Rubin, 2005; Gillham, 2005;

Rapley, 2005). Fielding and Thomas (2008) and Gilzsw Brown (2009) provide a
typology of qualitative interviews based upon tlegre of structure or standardisation
imposed by the interviewer. This study used semietired interviews to collect data. A
semi-structured interview is a valuable exploratogl and involves a set of predetermined
but open-ended questions that allow for spontanandsn-depth responses (Ryan, Coughlan
& Cronin, 2009). Gillham (2005) proposes that fieisn of interview is particularly useful
where the person being interviewed may be inhilotecbnstrained by a more structured
approach, or where the interest is in some dimensidhe individual's life-experience, and
where significant themes can only be elicited lbgveihg the individual to give their account
in their own way. In addition, Fielding and Thon{@8808) suggest that semi or unstructured
interviews are especially useful when the resetopit is sensitive or complex as is the case
in this study. Rubin and Rubin (2005) outline thegess of conducting semi-structured
research interviews which includes the developroétite interview guide, conducting the
interview and analysing the interview data. Thisgaiss will now be discussed in the context

of the current study.
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6.3.1. Developing and Piloting the Interview Topic Guide
Ryan, Coughlan and Cronin (2009) suggest that deusj the interview topic guide is

central to obtaining data that will address thelg®ipurpose and objectives. The topic guide
used for interviews in this study was informed byeyal sources including: the study’s
research questions and overall aims, the literagwiew, and the data collected from parents
in Stage One [Appendix R]. The questions focusexhupe three areas central to the study —
the child, including the challenges and difficudtiexperienced; the family, including the
impact of care provision on other members andahaly unit and the management of day-
to-day life; and the family’s engagement with argexiences of the services available to
them. The guide was composed of broad, guidingtoumssrelated to these three areas, and
was designed to elicit descriptive responses aréestfrom participants. These guiding
guestions were supplemented and supported by pscemnpit probes when appropriate to
encourage participants to expand upon an answerredirect them back to the main topic if

they became sidetracked and lost focus.

Once the topic guide was developed a pilot study @eenducted. The pilot study served two
purposes. It allowed the interviewer to assessdneprehensiveness of the topic guide, and
facilitated identification of any difficulties witthe interview process itself. The parent
interviewed in the pilot study was randomly selddtem the list of those eligible to
participate in the interviews as outlined abovéere were no issues identified in the pilot
study and subsequently no changes were made togiteguide or interview process. The
pilot interview lasted 50 minutes, providing anigation of the potential duration of
subsequent interviews. The decision was made todadhe transcript from the pilot
interview in the final data analysis on the bals& ho changes were made to the topic guide
or interview process, the considerable time anorefhe mother had committed to the study,

and relatively small number of parents eligibleifgerview overall.

6.3.2 Negotiating the Interview and Preparing the |  nterviewees
Once identified, the researcher contacted poteintaiviewees by telephone. From the

twelve parents originally selected two were no kEmg a position to participate (one
parent’s child was seriously ill in hospital, thiaer child had died two months previously).

Two additional parents were selected from the weskst previously described. All parents
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who were contacted agreed to be interviewed fosthdy. Obtaining initial verbal consent
over the telephone provided the researcher witlopp®rtunity to reiterate the information
provided at the outset of the study. This allowartkpts the opportunity to reflect upon this
information, and consider any questions or resematthey may have well in advance of the
interview taking place. As eight months had passece the initial contact about the study
had been made, parents were reminded of the failpgsues at this point of telephone
contact —
* The purpose of the study.
* The parameters of the interview. Parents were nnéal of the issues to be discussed
and verbally presented with the interview topicdgui
» Parents were informed that it would be necessargdord interviews and the
handling of audiotapes and interview transcript digsussed.
* Pragmatic aspects of the process were discusseddanple the time required based
upon the duration of the pilot study, choice oémtew venue, and the need for a

relatively distraction-free time period.

Gillham (2005) suggests that preparing intervieweeslvance addresses both pragmatic and
ethical dimensions. It allows interviewees an opyuty to reflect on whether or not they
agree to the topic, and a chance to reflect on tiegt might say and prepare themselves. An
interviewee’s clear understanding of what theylsg asked to do, and how what they say
will be treated, are fundamental in setting theetohthe interview which subsequently
influences the confidence and candor of the resprondt the end of the telephone
conversation an appointment was made to condudhtberiew at a time and place

convenient for the parent.

Ten of the twelve parents requested that they teeviewed in their home; two requested that
the interview be conducted over the phone. All pez@eeded to fit interviews around their
child’s schedule of appointments and services,iasdome instances the interviews were
scheduled for over a month later. Parents werengavehone number on which to contact the
researcher should they need to cancel or reschétulaterview, or if they had any

guestions they wanted to discuss in advance ofuadimd) the interview. Five of the twelve

interviews needed to be rescheduled due to eitbhesia in the child’'s condition or an
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unanticipated hospital appointment. Three of thie Were rescheduled more than once. The
challenge to initially schedule interviews with @ats was representative of the complicated
and complex routines that parents who care for gaiildren with life-limiting

neurodevelopmental disabilities experience.

All parents were contacted two days before theddlee interview date to confirm that they

were still willing and able to participate.

6.3.3 Preparing for the Interview
To prepare for each individual interview the daamed by the parent in Stage One were

thoroughly reviewed. This ensured the researcherfamiliar with the data the parent had
already provided making certain that they wereastied to repeat information twice. It also
allowed the researcher to identify aspects of thmeey data on which clarification was

required.

6.3.4 Conducting the Interview
Astedt- Kurki and Paavilainen (1999) suggest tiedrcexplanations of what to expect ease

the interview process. Before conducting the ineamparents were reminded of the topic,
format, purpose, and need to record the intervidve.importance of parents’ individual
experiences to the more general picture was eng#thslhe procedure for handling
audiotapes and interview transcript was reiterdt@tally, parents’ questions were addressed,

and written consent for participation was obtained.

Although interviewees were given an expected tiama# for the interview of approximately
one hour based on the pilot, in reality this watsthe case when conducting the remainder of
the interviews. The time taken to conduct the in&avs ranged from 40 minutes (telephone
interview) to a little over three and a half hodepending upon what the interviewee wished
to share, and the number of interruptions to tkeriew. In all but two face-to-face
interviews the child was present and interviewseaeterrupted to allow the mother to attend
to the needs of the child. This included startinjrashing PEG feeds, providing suctioning
for respiratory difficulties, administering mediiats, or attempting to soothe an unsettled
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child. Frequently the interview proceeded with thether holding or carrying the child. In
the remaining two interviews the child was beingedafor by an in-home support worker,
although again the interview did not proceed umrofged in that the parent frequently
needed to field inquiries and difficulties. Inteswiing in the home provided a rich
opportunity to see first hand the context in whpelnents provided care, and in many cases

the child for whom this care was being provided.

These interviews explored issues of profound ingraré to participants. In conducting the
interviews the researcher was mindful that shelveaisg given, in trust, private and sensitive
information about the child and the family, and wasstantly aware of the ethical
responsibility she had to interviewees in the stédthough a research interview is not a
therapeutic interview Donalek (2009) cautions fgm@searchers to remember that they enter
a sacred space in which the most intimate, formand sustaining processes of human
existence take place. Gillham (2005) suggestspbaple are responsive to the apparent

interest of interviewers and therein lays the esser their vulnerability.

The researcher was aware that the process cowddtly be distressing for parents. It was
possible that interviewees could be distressedhéytocess or the topics to be discussed
during the interview, or alternatively could lategret disclosure. The procedure for dealing
with these situations has already been describ&€thapter Four. Three parents became upset
during the interviews. Where an interview topic @@ed to be a cause of difficulty for a
parent they were offered the option of discontiguime interview or taking a break. All
parents wanted to continue with the interview. Tésearcher remained with, and supported,
the interviewee after the interview as needed (@sti€urki & Paavilainen, 1999; Horowitz,
Ladden & Moriarty, 2002). All ten parents who peigitated in the face-to-face interviews
even those who appeared to have had some diffidutiyg the interview itself reported that

they appreciated the opportunity to discuss the topenly.

6.4 Management of Interview Data
All interviews were recorded on an iPod with pasépermission. Audio recordings were

uploaded onto computer and used to make verbaainsdriptions into Microsoft© word

documents. These transcripts formed the basistafatalysis. Interview transcripts were
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given the same unique identification code as therga’ surveys returned in Stage One, and
were then anonymised with any identifying namemdividuals, institutions and locations
removed. In view of the relatively small size oé thopulation, and the rarity of some of the
children’s conditions, children’s diagnoses wesoakmoved from the transcripts in order to
minimise the potential for parents to be identifi€de audio recording was deleted from the

iPod once it had been uploaded onto a secure pesgnmaiected computer.

6.5 Data Analysis

In qualitative research data analysis may involvargety of interconnected interpretative
practices which vary in their underlying epistengidal assumptions (Denzin & Lincoln,
2005; Sealet al, 2006; Lyons & Coyle, 2007). Green and Thorogd@DQ) propose that

the decision about which qualitative data analgsehod to use is derived from the needs of
the study. Braun and Clarke (2006) suggest thditgtiee analytical techniques can be
roughly divided into two camps: (1) those that a@ffdiated to a particular theoretical or
epistemological position where there is limitediabaility in how the analytical method is
applied within the framework (for example Convei@atAnalysis, Interpretative
Phenomenological Analysis) including those wheezdlare differing manifestations of the
method from within the broad theoretical framew(kscourse Analysis, Grounded

Theory); and (2) those which are essentially indepat of theory and epistemology and can
be applied across a range of qualitative approaheslitative Thematic Analysis is

positioned in this second camp.

Thematic analysis is a common general analyticatesgy for qualitative data which
facilitates the search for patterns of experienithimthe data set. Given (2008:867) defines
thematic analysis as “a data reduction and analgskmique by which qualitative data are
segmented, categorised, summarised and reconstincevay that captures the important
concepts within a data set”. Holloway and Todré&¥®347) identify “thematizing
meanings” as one of a few shared skills acrosstgtiaé analysis. Boyatzis (1998) suggests
that rather than a specific method or approactseifithematic analysis is a tool, or
approach, performed within major analytical tramis. However Braun and Clarke (2006)

propose that thematic analysis should be consideredthod in its own right as its
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theoretical freedom provides a flexible tool whedn provide a rich and detailed yet

complex account of data.

The product of a thematic analysis is a descriptiothe patterns that occur within a data set
and the overarching design that unites them. Bay/61898) suggests that this description
may take several forms. At one end of the specttunmay result in a list of themes, at the
other end a complex model with themes, indicatodsqualifications that are causally linked,
or alternatively anywhere between these two pafetheme is described as “a pattern found
in the information that at the minimum described arganises possible observations, or at
the maximum interprets aspects of a phenomena’gd&ay 1998:vii). This may be identified
at the manifest level i.e. directly observableha tlata, or at the latent level i.e. underlying
the phenomenon, and may initially be generatedatnely from the data itself or
deductively from theory and prior research. Althio@yeen and Thorogood (2009) describe
thematic analysis as an essentially comparativegss) suggesting that it is the most basic
type of qualitative analysis, Perakyla (2008) swtgjéhat in research designs where the
qualitative text analysis is not the core of theesrch, but instead is in a subsidiary or
complimentary role, as in this study, no more ssiitated text analysis method may be

required.

Thematic Analysis was used to analyse the intertianscripts in this study. The essential
features of thematic analysis made it suitableapptopriate in that it does not rely on the
specialised procedures of other means of qualdathalysis, and can be applied across a
range of theoretical and epistemological approafBesin & Clarke, 2006; Schwandt,
2007). The thematic analysis method is particulalilysyncratic and several processes of
thematic analysis have been described (Boyatz88;1Braun & Clarke, 2006; Schwandt,
2007; Grbich, 2007; Green & Thorogood, 2009). Tiuelyg used the form of thematic
analysis described by Braun and Clarke (2006) wisiéhrecursive process involving six

main stages [Figure 6.1].
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Figure 6.1Stages of Thematic Analysis

Stage Phase Description.

Stage 1| Familiarisation with the data. Transcrileedata, read & re-read the data; note down
initial themes.

Stage 2| Generating initial codes. Code interedtatures of the data in a systematic fashion
across the entire data set; collate data releeagdich code.

Stage 3| Searching for themes. Collate codes irtengial themes; gather all data relevant
to each potential theme.

Stage 4| Reviewing themes. Check if themes worklation to coded extracts [levell]
and entire data set [level 2]. Generate thematig ofa
analysis.

Stage 5| Defining and naming themes. Ongoing arsatysiefine the specifics of each theme and
the overall analysis the story tells; generaterafiedinitions
and names for each theme.

Stage 6| Producing the report. Selection of commgkixtract examples; final analysis of
selected extracts. Relating back of the analysikeo
research questions & literature. Producing repbthe
analysis.

(Braun & Clarke, 2006:87).

Braun and Clarke (2006) propose that the first plidshematic analysis involves immersion
of the researcher in the data to the extent tlegt éine familiar with the breadth and depth of
the content. This they suggest involves “repeageding of the data in an active way” (p.87).
As Gillham (2005) suggests that the transcriptibmirviews results in the loss of the
semantic properties of human voice which can rdigliedter what the words mean, data
immersion in this study involved the reading aneaeling of interview transcripts while
simultaneously listening to the audio recordingghefindividual interviews. This procedure
was followed in order that the nuances and paralageg of the interviews was not lost, and
the written accounts could be checked and recheitkextcuracy against the audio
recordings. Initially the entire data set (i.e.talelve interviews) was repeatedly studied as a
whole with general ideas and impressions noteds Wais followed by the repeated study of
each individual interview transcript where agaimpigssions and ideas were noted and then

compared with those from the entire data set.

The second stage of analysis involved the generafitnitial codes from the data. In
gualitative inquiry a code refers to “a word or ghghrase that symbolically assigns a
summative, salient, essence-capturing, and / aragiv@ attribute for a portion of language
based or visual data” (Saldana, 2009:3). Boy#1A98) suggests that a good code not only
captures the qualitative richness of the phenorbehavill also have the maximum
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probability of producing high inter-rater reliabyliand validity. Interview transcripts were
examined and relevant extracts from the transcwet® collated to form codes. Although
this study was informed by Family Stress, Adaptatiad Resiliency Theory (McCubbin &
McCubbin, 1993; McCubbiet al, 1996), and interviewees were selected on thes lodskFS
scores, the process of coding interviews was prathmtly data driven. Codes were derived
inductively from the raw interview transcripts. $hprocedure of empirically identifying
codes was adopted in an effort to keep the datéas to the participants’ experiences as
possible (Gibson & Brown, 2009) and to increasditedihood that others examining the

raw data would perceive and encode the informationiarly (Boyatzis, 1998).

The coding procedure was performed manually. Cage identified, numbered, and then
matched with data extracts that demonstrated ttie.@odes were then categorised
according to their focal area i.e. related to thiéd¢ the family or to the services. An example
of this is presented in Figure 6.2. Initially 6des were identified; however additional
refinement reduced this to 36 separate codes fatwthe inclusion criteria were clearly
specified. Ten of these codes related to issues associatiedhe child, fifteen to issues
associated with the family, and the remaining ateieethe family’s engagement with service.
The codes pertaining to each of the three indeperideal areas were then explored

separately to identify the subthemes that relaiexhth area.

Figure 6.2Example of Coding Strategy

Code Inclusion Criteria

03 — Uncertainty & Unpredictability. | This code relates to uncertainty relative to thiédthcondition.
Included are references to the instability / unjutadbility of the
child’s condition and the need for repeated hokpiaissions.
Descriptions of sudden medical crises are included.

Data Extract

“and | noticed that he was going blue and he wagigsly a lot of the times and eh..... one of the titmes
went really blue and | phoned the GP and she saigetto immediately bring him in” [Interview 03]

“we were in [hospital] and he was getting bettethe first initial visit and he was getting bettedd
thought “yea this is 0.k. we can do this, we camagg this”....... and then he did this u-turn withirpacse
of an hour...... and the next thing they’re bringingihin and they’re putting this cannula in his scalp
which is....which was my lowest moment ever......... andtadl panic.... [Interview 08]

Once all the data were coded and collated the fihete of data analysis involved the search

for broad themes. Rossman and Rallis (2003:28#ndigsh between a code which they

" This coding framework was used for the assessofénterrater reliability previously described.
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proposes is a word or phrase describing some sagrhdata that is explicit, and a theme
which describes something more subtle and tacituBand Clarke (2006:82) propose that a
theme “captures something important about the @adarepresents some level of patterned
response or meaning within the data set”. The sumb#ls from each area were reviewed in
the context of the entire data corpus, and ovenagahemes identified. These main themes
were then checked against each other, each subthech@gainst the notes and impressions
originally documented during familiarization withet data corpus to ensure that they were

consistent, coherent, and distinctive.

6.5.1 Ensuring the Rigor of the Analysis

While there are definite guidelines to navigate am@nt threats to validity and reliability in
gualitative research, there is no specific litmes that can be applied that will confer a
stamp of approval to a qualitative project (Wolc@892; Nagy Hesse-Beiber & Leavy,
2010). Mays and Pope (1995, 2002) propose thattlability of analysis of qualitative data
can be enhanced by organizing an independent assetssf transcripts and comparing
agreement between the raters. Boyatzis (1998)patgmoses this process of establishing
consistency of judgment as an important reliabgitgck in qualitative research. Barbour
(2001) concurs, suggesting the process of multipting concerns the same issue as the
guantitative equivalent “inter-rater reliability@nd is a response to the charge of subjectivity
sometimes leveled at the process of qualitativa daalysis. Julien (2008) proposes an
acceptable reliability coefficient in qualitativerdent analysis would reach a minimum of

.60 (i.e. 60% agreement between different coders).

In the interest of validity and reliability 25% tife twelve interview transcripts were
subjected to independent verification by a secatttc(n=3). The second coder, who was
entirely independent of the research project, veckthe coding framework and three
randomly selected interview transcripts, and w&e@so code the transcripts using the
coding framework provided. The coding frameworkicatied the codes and their defining
attributes. No additional information was suppli€tle results were then compared with
those of the primary coder. Agreement on individi@les ranged from 75-100%, with an

overall agreement of 95.6%. When the framework agsdied to the individual interview
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transcript coding agreement ranged from 89.6% t6%7 with an overall inter-rater

reliability of 94.4% on the transcripts [Appendik S

Although Lincoln and Guba (1985) propose that menehecking is essential to the
credibility of the qualitative research projecivias not employed as a quality measure in this
study. More recently there is debate about theevafuhis process as a validation strategy in
qualitative research with several commentatorstgpreng its universal appropriateness.
Mays and Pope (1995, 2000) identify several paagptioblems. They suggest that if used in
isolation this technique is based upon the asswmiiiat fidelity to the participants’
common-sense perceptions is the touchstone faty.eBhey also suggest that apparently
discrepant views are likely since the researchedyres a broad and holistic account
designed for a wide audience which may be diffefiem the account of an individual
informant simply because of their different roleghe research process. Additionally
Barbour (1998) cautions that participant validatxercises make considerable demands on
participants’ time and, depending upon the reseigic and the content of transcripts, can

potentially be distressing or even exploitative.

The decision not to seek respondent validationmade in the context of several issues
pertinent to the study: interviewees were chosetherasis that they had already
participated in the survey used in Stage One wimate it possible to triangulate the
findings with those from the previous stage. Altlod interviewees had already been
subjected to a double burden of participation (syrand interview), and additionally, given
the nature of the study, had extremely busy andptexrhome lives with many demands on
their time. Given the high inter-rater reliabilityat had been achieved it was considered that
seeking respondent validation would impose an uessary additional burden on
participants for relatively little additional bertefind could be exploitative of the good will

that participants had already extended towardsttiny.

6.6 Description of Interview Participants
All of the interview participants in this phasetbé study were mothers. The child’s father

was present during one interview but he did notigipate in the actual interview process.
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All geographical areas were represented, with wers conducted in Munster, Leinster and

Connaught, in both urban and rural areas.

Interviewees ranged in age from 23 to 44 ye&rs34, SD=6.73). Two interviewees were
single parents (17%), and 92% worked full timeha home caring for their child (n=11).
Three mothers had no other children, six had onherathild, and the remaining three

mothers had two, three and four children respelgtive

The children with a life-limiting neurodevelopmeintiisability ranged in age from one to six
years X =3.3, SD=1.7). One child’s diagnosis was unknowwe had an organic central
nervous system disorder while the remaining fivel lsa chromosomal abnormality. All
children were involved with a variety of servicexlahealth professionalx(=8.5, SD=2.5)
including both general paediatric and intellectdaability services. Two children had
already been referred to specialist palliative c@mices. The mean number of health related
problems experienced by the children was 6.5 (SP®8&1ten of the twelve children were

dependent on some form of medical technology.

The previous sections of this chapter have predehteprocess of selecting participants for
interview, and the interview process. Data analysis discussed, and the strategy employed
to ensure rigor of the analysis presented. A d@smn of participants’ demographic data has
been presented to place the findings of the int@nanalysis in context. Although each
family who participated in this study had a unigxperience, when these experiences were
compared certain commonalities emerged. The foligvgiection presents the results of the

thematic analysis of mothers’ interviews.

6.7 Findings

The results of the thematic analysis are presenteuo stages. Initially the themes related to
the focal areas of the study are presented (thé; ¢the family; and the experience of
engagement with services). Presenting these thidfigsthe function of explaining and
augmenting the findings from the parents’ survefigctv was the primary purpose of this
stage of the study. Themes are supported withsegihents from the interview transcript.

These text segments present interviewees verbatippnses, sometimes demonstrating the

189



frustration that mothers experienced. Italics a®dun quotations to represent the emphasis
mothers placed on particular words or phrases duha interview. Hesitancies and pauses in
speech are included.

The second stage of the findings presents the sugarate themes that overarched the entire
data set. Presenting these super ordinate thewigtgfas a more holistic and three-
dimensional understanding of the multi-faceted reatd family life and engagement with
services of young children with life-limiting newtevelopmental disabilities and their
families. The relationship between the themes apérsordinate themes is presented in
figure 6.3. The chapter concludes with prelimindiscussion of the findings and the main

conclusions that can be drawn from this stage.

Figure 6.3Themes and Super Ordinate Themes from Mothers'adiaes

(1) Ordeal & Consequences of the Child’s Condition
(2) The Exceptionality of Each Child

(3) Wrestling with the Enormity of the Child’s
Diagnosis

(1) Waging a War

\\
(1) Experience of Acute Services
(1) Starting Out (2) Experience of Community
(2) Keeping the Show on the Road Services
(3) Shouldering the Burden (3) General Service Related Issues

(4) The Bigger Picture
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6.7.1 Child Related Themes
Three themes emerged in relation to the young etiild a life-limiting neurodevelopmental

disability: the first related to mothers’ descrguts of the ordeal of the child’s condition; the
second to the individuality and uniqueness of edwldl; and the third to the enormity of the

child’s diagnosis.

6.7.1.2 The Ordeal and Consequences of the Child’s  Condition
This theme relates to the difficulties and chalesthat the child experienced and their

consequences for the child. It incorporates mothkscriptions of the physical and social
challenges that the child endures; the unpredietasture of the child’s health status; and the

unrelenting and repetitive nature of the care neqlii

The children in this stage of the study had rared@@mns which resulted in multiple,
complex and on-going health problems. Most of theblems were present from birth or
shortly thereafter, and many required complicatedical and technological management.
This resulted in mothers carrying out highly sldlieursing care in the form of complex drug
regimes and the use of specialised medical equip(messt frequently to support
gastrointestinal and respiratory function). Howetrer children also required complex care in
another sense. In addition to the procedural kndgdevhich allowed mothers to provide
high levels of specialised care, mothers expreadedn of tacit knowledge which allowed
them to almost instinctively know if the child wdsveloping a problem and ensured they
were totally attuned to all aspects of their clildeeds. One mother commented
“she is visually impaired , she is deaf, she has Cerebral, Balsyas oesophageal
varices.....she has major liver problems and her day to dayfrsrirgetting up in the
morning to getting in the routine.....she will feel the giiiwns on the floor and it lets her
know that you are coming in, she will feel vibrations anel\shl smile.... but if you just
went in and opened the cot and leaned over she will géigheof her life... like if you just
touch her, so you have to go in slowly and move aroundeaier know that you are
there.... then she will just start coming around, she is neryous...... and it is not nervous
that she is afraid, she is nervous that she does not knatismtoming next really.... because
her senses would verybad....yeah.... she is peg fed, she wears hearing aids....and
eh....no, she can get break through, so she gets her MST ig/liehbig one... if she is
having abad day she would say..... well you would know by lookindpat , you would

know just by heface. you wouldknowshe is having an off day” [35: mother of child aged 4]
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The children’s health status was unstable and aingiedble, often involving a “revolving-
door” situation with acute hospital services. Frejuhospital admissions were seen as a
source of suffering for the child as each time tiveye subjected to the necessary routine of
investigations and interventions. In many cases#tare of the care required at home on an
ongoing basis was unrelenting and repetitive. Soildren required around-the-clock care
whereby drug regimes or feeding schedules needee tontinued and attended to during
the night. Maintaining this level of care necedsiiadeveloping and adhering to a strict
routine. Feeding and drug schedules all needed felformed at pre-determined times.
Between these times the other care requiremenkeathild needed attention. Meticulous
planning and timing of care was essential. Thisydajicle of care was obvious in mothers’
descriptions of how preparing and arranging thiofahg days care marked the conclusion
of the care required each day. Adhering to thiststoutine was essential as the
consequences of failing to be prepared, or makingnaission, could cause the child to suffer
or have severe consequences for the child’s hetths. The instability of the child’s
condition had consequences beyond the need foraantieg routine. One mother described
this constant state of flux in the child’s conditias the most difficult thing to cope with

“the uncertaintyas to when he is getting sick next....and that's it....jasirg to bealways

prepared for that, and not knowing when it is....” [16: meotof child aged 2].

Many others commented on the practical difficultiest arise as a consequence of the child’'s
unstable condition. These included never being @mbleave the child unattended, not being
able to leave the house unaccompanied, and theutliés of trying to travel with the child
“and | remember being in awful fret one of the times....l was in the car and | was on the
motorway and [child] decided to have a seizure...and | hadpotlsé car and | had to go and
apply the Oxygen..l had to apply the Stesolid....and there wasigetraffic of people
behind me, and | remember they were all just beeping....andelmber itvery vividly, even
to this extent...l remember afterwards, after the seizure....gdi#iok into the driving
seat.....and all these people passed me, and they looked threwgindlow staring at me as
like “did you not know that you are holding up the traffic.l.remember just sitting there

you know.... for half an hour....and | cried my eyes out....jadther of child aged 4 %2 ]

These unpredictable and ongoing health problenesraiulted in negative social

consequences for the child. The cause for thisaappdeo be twofold. Some mothers
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described what they felt was the exclusion, by sthef their child from normal social
situations and everyday events, while others miagleécision to insulate the child
themselves based upon their interpretation of etresctions

6.7.1.3 The Exceptionality of Each Child
Despite the complex difficulties experienced by¢héd, and the associated level of care

required, this was not the main frame of referdncenothers when speaking about their
children. This theme relates to mothers’ descm#iof the individuality, uniqueness and
“specialness” of their children, including the go& benefits to other family members that
the child has provided. A strong emphasis was glacethis by mothers during the

interviews.

Despite the difficulties and negative consequentése child’s condition every mother
spoke emphatically and lovingly about the indiviilyaand exceptionality of their own child.
This took the form of expressions of love and dewvgtand emphasis on the unique
personality traits of the child, and a focus onc¢hid’s positive achievements. Mothers were
anxious to point out the unique personality traitd quirks of the child: the things the child
seemed to enjoy, and those they did not, the wayaich they interacted with others in the
family, they ways in which they could make themsslheard even if unable to vocalize.
Mothers described all the things which differergéatheir young child with a life-limiting
neurodevelopmental disability from other childrewl anarked them as unique and
individual. Many mothers attributed qualities afestgth and courage to their child,
particularly in the context of the prolonged sufigrassociated with protracted
hospitalisation, medical tests and interventiortge €hild was frequently referred to as “a
fighter” who had defied medical prediction of thieingevity, achievements and capabilities.
This concept of defying the odds appeared to lepneted as a positive sign relative to the
child’s prognosis

“she’s defying the oddall the time.....that you know, you kinda say “well they were

wrong'...you know last year they told me she had three monthgeaa | [35: mother of child

aged 4]
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Mothers were also anxious to emphasise the positivances and achievements that the
child had made. These were a significant sour@elabration and pride, no matter how

small.

It was apparent from mothers’ narratives that, ftbeoutset, the child was perceived as
central to the family unitwithin the family the child was seen to make a sigant positive
contribution to both their mothers’ personal depetent and, where present, to the
development of siblings. Mothers spoke of theitcch a transformative way, contributing to
their own positive personal growth. They believiegt{ as a result of their child, they were
now less concerned with superficial aspects of lisel more tolerance, were stronger and
more assertive, and had increased empathy tow#ndsso

“I am sucha different person now... | have more patience, | have more uaddirsg, | have

morecompassion.... | never knew what... a special family before..... and neeppsd to

think what their lives would be...nowl stop and I think.....[04: mother of child aged 4 %2 ]

Mothers also proposed that having the child as mlee of the family accrued benefits for
other siblings where present. However, unlike tlothrars’ benefits, these were generally

intangible. So while mothers made reference tddbethat the situation could only benefit
other children in the family, they were less explbout exactly what these benefits to

siblings were.

6.7.1.4 Wrestling with the Enormity of the Child’s Condition
The final theme related to the child was associati#idl mothers’ description of their attempts

to grapple with the child’s condition and its pdtehimplications for the future. Some
children’s’ difficulties were obvious from birthof others diagnosis took some time. Mothers
reported conflicting perceptions of this delay: $ome mothers a delayed diagnosis caused
considerable anxiety both in terms of the uncetyaoh what to expect, and the potential
consequences of the delay for the child’s treatpfenbther mothers a delay seemed to
provide a form of respite, a method of avoidingpgeptially unpleasant reality

“on one hand it would make things difficult because you tkmdw what to expect.... but

then on thetherhand like.....maybe it'sotsuch a bad thing, you know.....not knowing....
[12: mother of child aged 1].
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In situations where specific diagnosis-relatednmfation was provided mothers described
the painful challenge of trying to assimilate ti@¢hers were left to try to obtain information
of the child’s condition themselves
“I just felt myworld had collapsed around me, when | heard “brain” | just said “olGog/
..... didn’t knowwhatit meant, when the nurses wrote down the actual name and sadd t
“well there it is if you want to get some of your family m=ems to look it up for you”......
did that and well... that wastmdidea..... that was eeally, reallybad idea...... " [31:
mother of girl aged 5]

Accepting the child’s diagnosis and its implicasgresented a long struggle for mothers,
and this was not always a straightforward prodésssome there appeared to be a gradual
acceptance of the child’s reality, while otherseapd to alternate between knowledge and
denial
“she said “there’s a 50% chance that he won’t make it through”and.I'm kind of saying
“no....that'sotherbabies..... that are worse off than [child]"...... because you knawdgm't
let yourself believe it..... how actually badise..... because if you did you just wouldn’t get
through ...... [16: mother of child aged 3]

Only one mother made explicit reference to thellifgting element of her child’s condition
during the course of the interviews (although thésnot prevent her making plans for the
child’s future). This particular little girl was ite terminal stage of her illness and had
already been referred to specialist palliative ca@mices. One other child had also been
referred to specialist palliative care but this wasceived as a negative development by the
mother who strongly refuted the need for the serwicthis time. There was a sense that
accepting palliative care for the child was an a$mon of defeat particularly because it
conflicted with the parents’ own goals for theiildh
“....and | struggle... all of the time ever since | was involvetth Whem, or put in touch with
them, Ibattle.... | have had meetings with the... | have laagumentswvith them, and it's a
mind set that | can’t change.theywant to treat her for quality of life and comfort and |
don’twant to..... | know that they think myself and my husbarelridiculous....to even
think that [child] might ever even sit....and that's something ihatreal goal for us...... and
even if never happens.... we have to have this goal in our headside otherwise we're
doingnothingfor her.... and | feel... as a parent.... well that | wouldn’t heemof a parent
if that's what | was doing...... and she is suogreatlittle girl.....1 think it's a shame not to

want more for her...” [34: mother of child aged 2]
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Not only was the life-limiting element of the cHgctondition not alluded to by most
mothers, but all of the mothers in this phase efdtudy spoke of the plans they had for the
child’s future. This was true even of the motheogaé child was in receipt of palliative care
services. Most mothers spoke of always retainigginramer of hope, the sense that the
outlook for the child may change because “you carenbe sure what’s around the corner”.
This allowed some mothers to make long terms pianthe child
“in my mind like [child] is going to grow up to be a man...and we are going to plant a few
Christmas trees down for him..... and we are going to Imitda mushroom tunnel and do
vegetables.... and | haggeatplans for him you know.... that he can be chopping the
firewood and things like that...... " [16: mother of child agéd 3

6.7.1.5 Interim Summary of Child Related Themes
These themes portray a picture of the physicalsacdl challenges experienced by the child

with a life-limiting neurodevelopmental disabilitgnd an insight into the complex and often
unremitting nature of the care required. Howevesghdifficulties were not the main frame
of reference for mothers who did not seem to viei& burden of care separate from the love
and devotion they felt for the child, and the pesibenefits they believed the child brought.
Coming to grips with the child’s condition was @acted and difficult process, and in
many instances a conflicted one. Despite the nunsesiad severe complications the children
experienced, and the level of on-going care thguired, the majority of mothers did not
make reference to the life-limiting aspect of théd:s condition, nor did this appear to

inhibit making plans for the child’s future.

6.7.2 Family Related Themes

The impact on the family of caring for a child waHife-limiting neurodevelopmental
disability has been quantified in Chapter Six. T8@stion presents the themes that relate to
mothers’ descriptions of the management of everydayly life and relationships when a
child has a life-limiting neurodevelopmental didiyi and how the family manages to

continue to function and survive.

Four themes were identified relative to the conoépamily life. The first of these “Starting

Out” relates to mothers’ experiences of the bifttheir child and the issues associated with
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coming home with a life-limited neurodevelopmemisiabled infant. “Keeping the Show on
the Road” described the strategies families emfdayanage life day-to-day and the
resources that they draw on to do this. The tledrte “Shouldering the Burden” describes
the impact that having a child with a life-limitimgurodevelopmental disability has on the
individual members of the family, and its impacttba relationship between the mother and
father. The final theme “The Bigger Picture” rekate the world outside the family and how

this too must be navigated and managed.

6.7.2.1 Starting Out
This subtheme relates to mothers experiences dfittieof their child and associated issues.

All mothers began at this point, the beginningh&it journey, and told their story as a
temporal narrative form this point. The most mindétails were remembered with
exactitude. Dates and even times were recalledesiie, as was each individual they

encountered in both positive and negative contexts.

For some mothers the fact that there was a diffiauith their child was obvious
immediately, but those for whom this was not theecaxpressed that a major difficulty at the
outset was being taken seriously when they expiabs# concern that something was “not
quite right” to hospital staff. Concerns were oabtcepted as legitimate when the problem
was witnessed and corroborated by a member of dukaal or nursing team. This left
mothers feeling vulnerable and full of self-doubthwegards to their ability to recognise
symptoms.

“and it was just like | was not believed..... it was like myrevavasn’t anything... whdtsaw,

you know..theydidn’t withess a seizure so they sent me back and they saiel tioat it was

probably regular childhood movements..... even though | thintkhat at this stage you
know, | have raised three other kids...[04: mother of child &ged]

When it was established there was a problem walctild other difficulties ensued which

left mothers feeling alienated, powerless and lagla sense of control. Some of the mothers
reported that their baby needed transfer to andtbgpital creating a physical distance
between them and their infant; others describediiffieulties of having a child in an

intensive care unit even when this was in the damspital as the mother. The lack of
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opportunity to physically interact with the childae/a cause of distress, and some mothers
expressed that it deprived them of the opportunitiget to know” their infant. While in

some circumstances lack of physical contact wagiatable result of interventions,
monitors and investigation, in others the causelessobvious to mothers who associated it
with the rigid rules and routines of the speciakaanit, in particular the lack of visitation
rights. One mother described how her infant devedagtifficulties and was taken to special
care just hours before they were due to be diseldairgm hospital, and how not only was

she expected not to accompany the child, but wsiead expected to get ready to go home.

Many mothers’ reported difficulties associated with communication of information about
their child’s condition. In some situations, espdigiwhere the child’s condition was rare,
mothers felt that there was not enough informagieailable to them, either because medical
staff did not have the information, or because theye reluctant to speculate about the
prognosis for conditions with which they had litdheperience. Mothers described being
given distressing information when they were aland unsupported, or described how they
simply could not make sense of the information utes
“the pediatrician explained about the two sections of the bmathabout this group of cells in
the centre and they just hadn’t developed.... he rexenmentioned the word disability at
all.... Never... didn't...I was very upset when | heard brain or whatevemwas very upset,
and to be honest with you, if he asked me what exactly didyhepsobably can’t remember
allofit ...... but I just remember him when he said aboatlitain..... as a matter of fact |
actually remember thinkingh my Godhat means he said the group of cells that connect the
brains hasn’t developed...... | just had pictures of her braipbling in her head....To me it
was like oh my God what happens if she moves her head. asialvjust completely and

utterly shock...[husband] wasn’t with me when | was told.....[31: motbiechild aged 5]

Many of the children required a protracted inihakpital stay. While some mothers chose to
remain with their child, others made a daily comentat the hospital, often from considerable
distances away. Both the general environment ohtspital and lack of basic facilities
caused considerable difficulties for mothers. Irtipalar sleeping facilities for parents were
a significant problem for parents who stayed wititt ill child

“the little stupid things like.... the likes of the hospisald stuff you have the little skinny

mattresses....| mean wowau sleep on that for seven nights a week... you are making
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yourselfsick with these services that people don't realise...... the little gimalys, like a
mattress that size you say to yoursglittry and sleep on that”...... " [35: mother of child

aged 4].

Once the child’s condition stabilized mothers fabethg discharged with their infant.
Without exception all mothers felt totally unprepairfor this. Most expressed that they felt
scared and out of their depth. There was the pBocethat this enormous crisis of
confidence was either ignored, or trivialized, logpital staff. Mothers used adjectives such
as feeling “scared”, “overwhelmed”, “traumatizedica*demented” to describe their feelings
on discharge from hospital. They felt they lackethithe skills and knowledge required to
care for their infant. They expressed that theymtihave sufficient procedural skill to care
for the child particularly in relation to childreaquiring technological assistance, and also
felt that they were not adequately informed of wiedbok out for in terms of changes or
deterioration in the child’s condition. It seemediothers that they were left to their own
devices with no information except the informattbay could gather themselves

“we hadn't aclue....and she said “right, off you go”, and we were like “how dafe@edhim”,

and she said “just do as you normally do”... Jesussure we hadn’t a clue...” [13: mother
of child aged 1 2]

In addition, mothers and children were often disghd without pre-arranged local support or
knowing who to call on if difficulties arose. Fayrae mothers, particularly those from rural
areas whose child had been transferred to Duleliephone support from the referral hospital
was all that was available, and this was inconsistdany mothers described being totally
overwhelmed by the constant care requirementseotiild and lack of support
“There was times | just criegll dayeveryday.... there was times when | could not honestly
get up off the chair to go to theilet because she was so bad.... [child] was so bad that when
you would leave her down she would just go hysterical...hat you couldn’t even go to the
toilet....you know....but there was times.... like | often hadchw just had toast or a bit of
bread and that would be it for the whole day..... because yoldwbbavetimeto make
anything.... so you're eating and you're picking and you’sbging....... when you got 5
minutes ..... you know...all the time watching the door fansone to come and help....”
[61: mother of child aged 2 %]
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For most mothers this state of crisis eventualbgded, and a state of semi- equilibrium
evolved. This was not always quick to develop gpgkared to be contingent upon the
support (social and services) that mothers cowdd/dtown. Mothers became less fearful of
the technical aspects of care and more confidethieim ability to provide the care their child
needed. At this stage the focus appeared to sinfirds attempts to construct a framework or

routine in which day-to-day care could be continirethe longer term.

6.7.2.2 Keeping the Show on the Road
This theme relates to the family’s attempts to ngenday-to-day life and reconstruct a sense

of order from the fragmentation produced by thédéhicondition. In order to achieve this
family life needed to be planned and executed wmiititary precision. The development of a
structured family routine was essential. This wadipularly important in families where
there were other siblings. The routine was strect@round fitting the family in with the
child’s needs and schedule, and seemed only toiragcordance to the particular
appointments the child had on any given day, ontici@ated alterations in the child’s
condition. All family plans were provisional anddggect to change depending upon the kind

of day the child was having.

Strategic planning and routine was also requireaveycome the practical difficulties that
were encountered on a daily basis. Driving was pnissue for mothers, both in terms of
the amount of equipment that needed to accompamngttiid, and the fact that in many cases
the mother could not travel alone in the car with ¢hild. This meant that trips needed to be
scheduled in advance so that arrangements coutthide to have accompaniment. In some
cases the child’s requirement for constant ca@raksant that even normal household chores
had to be scheduled in advance in order that theldde performed when assistance was
available
“and Monday to Thursday when | have [carer] for the 4 houtlsermorning I'm trying to get
everything done...... ‘cause God knows you're not going to gbbace to do it on Friday,
Saturday or Sunday....[61: mother of child aged 2 %]
One of the major issues that needed to be addresseder to manage the practicalities of
day-to-day life was the demarcation of roles betwe@rents. Without exception all of the

mothers were the main providers of care and whileome situations aspects of the physical
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tasks of care were shared, the main responsibilioverall care management fell to the
mother. In some families this appeared to be atregd and pragmatic arrangement, with
mothers describing that they assumed this roleusecthey no longer worked outside the
home. In other families mothers appeared to hasenasd the role by default
“we don't disagree, No...... not really.... because [husband] wiamd to leave it a lot to
me...... and [husband] made an announcement that he doesn't alikedilyspitals
anymore.... and I'm kind of going “yea, like | find it a balrof laughs”...... [16: mother of
child aged 3]
When both partners worked in outside employments the mother who took time off if the
child was ill or hospitalized, and who organisedital appointments and tried to arrange

services for the child.

Mothers drew on several sources of practical agdhmogical support to assist them in the
day-to-day management of family life. In generahiig and friends could be called on to
provide psychological support although mothers weoee hesitant to request practical
assistance with care. In many cases the levelemfigiised care required by the child
precluded obtaining help with childcare from famalyd friends. Some mothers felt that there
was a limit to the extent that they could call eagtical assistance from family and friends.
In these situations services became an increasimglgrtant coping resource, with one
mother whose child required constant care desgiiias a “relief” when the child was
hospitalized
“it's a relief when [child] goes into the hospital | have to say..... Ivikriss anawful thing to
say.....butit’s relief to be quite honest..... and | mean | stagajl with her, | put her to
sleep and | go home... but the fact that you are going homesdiineggnto bed and at least
your mind is shutting down...... [61: mother of child aget]
Mothers also turned to other parents in situat®mslar to their own as a source of support.
Other parents were considered a particularly ingmarsource of information and advice on
services and entitlements. Some mothers developedhkills to help them manage, actively
working to become more assertive and knowledgeabig often undertaking courses that
they thought would benefit the child now or in theure.

Throughout all of the challenges encountered dalatofamilies struggled to maintain a
sense of normality for other siblings, and to ndimestheir family situation. Mothers
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described how important it was that the young cilith the life-limiting
neurodevelopmental disability was treated as ndynaal possibly, both by the family, and
those outside the family unit. At the same timehed struggled with the task of reconciling
the particular needs of this child with the geneegds of other children in the family. Some
mothers described this as one of the most diffichédtllenges they faced day to day, and
many reported that the real value of having homsing hours was the opportunity it
afforded to spend time with other children

“the hardest thing is how to get through each day and gdreehchsomething...| mean its

really kind of theemotionalthing....thatkind of thing...it's not the medical thing it's.that
..... " [25: mother of child aged 6]

This struggle to develop a sense of normality algoeared to involve a framing of the family
situation as a normal, or at least a not very umigioe. Mothers described how in many ways
their family was really no different from every ardry, average, family. This perception
appeared to be reinforced by availing of opportesito meet other families in similar
situations. Mothers actively sought out such entengrwhich reinforced the perception that
neither the family situation, nor the challengesaemtered, was unique. For many this
involved attending family days organised by a senar charity with which they were
involved. Others attempted to locate families samib their own through their main services
“you actually look forward to them days...because you meet pdugti@re the same as

you....everybody there is tl'ame...so it's like you are in with the crowd....[35: mother of
child aged 4]

Mothers described two particular approaches thigekdehem to keep going day to day. The
first appeared to be a combination of stoicism aradjmatism, and the second a deliberate
focus on accentuating the positive elements osifilugation, always remembering that things
could be worse. Mothers suggested that they margiggaly because there was no
alternative; it was just what they had to do

“sure |haveto keep going....because if | don't what's going to happen ylou know.....you

just have to keep going....” [12: mother of child aged 1]
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The difficulties and challenges of the situatiopegred to be made easier by deliberately
focusing on positive aspects and remembering tlzatatter what the circumstances, there

were other children and families in worse situadion
“[condition ] can be quite profound in some childre... so [child] really could be lat sicker
than she is....I mean she could be PEG fed, she tewie problems with aspiration and she
doesn’t...well | mean....you know she does.... aspiflaids...but | suppose what I’'m trying to
say is that she could behall of a lot worse than she is... so | feel blessedlthat not dealing
with that level of care...... [34: mother of child aged

Mothers also strived to make sense, or meaninteaf situation. For some spirituality was
important as they sought what they described a&sga™, while other mothers achieved
positive meaning through “giving some thing backhis concept of reciprocity was
operationalised in a variety of ways. Some mothadtst was important to act as an informal
resource to other parents, others collected fornt@®or participated in events to raise funds.
Some became politicized and acted as political eabes for children and families in
situations similar to their own by volunteering lmmards of management and advocacy

groups.

6.7.2.3 Shouldering the Burden
This theme relates to the specific impact havichid with a life-limiting disability has on

individual members of the family, family relationgh and the family unit. For although
mothers were anxious to elaborate on the positaments of having a young child with a
life-limiting neurodevelopmental disability theysal described a range of negative physical,
psychological and social consequences of the gituédr themselves and for other members

of the family.

Some mothers described that the care requiremétits child were sufficiently burdensome
and time consuming that there was little time feftbasic self-care. This left some feeling
despondent and overwhelmed
“I am literally under house arrest like if we ....... you’d be constantlyinggeople like
“can you go to the shop for me?” or “can you drop me in doimgto eat?”.... like and some
days me Ma would drop in and say “did you have anythirgat@oday?”... and like | could
literally sit down anctry..... like how can | have anything to fucking dagk at me look, at
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thestateof me...my house... look at ...... some days she would not slesghdtso you are
up all night and you are up the next day...” [35: mother dficmed 4]

Many also found the care required by their chilokta physical toll. Most frequently
mothers described musculoskeletal problems assdoieth the effort of lifting and carrying
(either the child as they got bigger and heaviethe equipment necessary for the child’'s
care). Chronic exhaustion also appeared to bevagige problem. A persistent state of
tiredness and fatigue was reported by all mothéishwwas generally described as feeling
“physically and emotionally drained”. For many tkias attributed to a chronic lack of sleep
associated with some medical intervention the afeitphired overnight. However, mothers
reported that they found it almost impossible teeha restful night even when no overnight
intervention was required

“at night time now | am half awake and half asleep..... becaus&tl ldwwif she is going to

start wretching and choking on the vomit... ya | am..... alvemyeseye open. yes... [61:

mother of child aged 2 ¥%]
Despite this night time respite was extremely ladjtand in cases where in-home night
respite was available mothers reported that theernomplex the child’s needs the more
difficult it became to find a suitable carer. Somethers reported that they felt guilty for
asking their partner to share night-time care,igalgrly if the partner had to get up in the

morning.

Although some mothers had in-home support duriegithy this did not alleviate the
problem of tiredness. In-home support simply alldweothers to attend to the needs of other
children, or perform the ordinary everyday housdlublores that are part of family life and
which could not be performed if scheduled help natsavailable.

“l suppose the hours that | would get from [service] | widehd to use for practical

purposes.... like going and doing grocery shopping, dingethe washing done you
know..... | haveneverused them for myself.....” [39: mother of child aged 4 V4]

Despite a backdrop of constant fatigue and exhaustiothers described the need to remain
constantly alert for changes in the child’s comaitiThese could happen suddenly and
without warning. The child’s rollercoaster healthtas appeared to be a cause of constant

tension for mothers who needed to be constantty atel responsive to the ever changing
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fluctuations in the child’s health. It also meamttmothers had to be permanently available
in case a difficulty arose with the child when thether was not physically present. They
were aware that they could be called upon at ang tb attend to a difficulty with the child.

Social isolation was a frequently encountered gnoblor mothers. Some had left paid
employment to care for their child and many missedsocial opportunities that work
outside the home had presented. Others had lgpertunity for social intercourse due to the
burden of care required by their child and motliescribed the difficulty of maintaining

friendships when friends don’t seem to understaeccomplexities of their life.

Mothers also described the constant worry and aniiey experience about the short and
long term future and the potential challenges thight occur. This anxiety appeared to be
focused on two main areas. The first related teises, with mothers describing the constant
worry of future service withdrawhlThe second related to what the future held feirtthild
in the long term. Although one mother described hmsvfuture was just too difficult to
contemplate in its entirety at this time

“....and | don’t want to see a child say older than 5 witk gaindition...... because I just

need to focus on what'’s going on at the moment....... IgoDXVD on the first 18

months...... and you are allowed it for a month or somethingund.after 3 weeksstill

hadn’t watched it because | was too scared to watch it....... anddfvead that | am going to

put this on now and there will be something on it thatdw or | haven't realised so far

..... and | don’t want to know about it and | am going éddack down to square one

again...... [16: mother of child aged 3]

Potential service reduction appeared to be a cohstaise of anxiety for the mothers in this
study. Every mother was aware of, and frequentigrred to “cutbacks”: a reduction in
services and staff associated with reduced budgetsunding. Many mothers worried that
particular services would not be available wheirttigild needed it. Where children were
currently in receipt of services mothers worriedtttnis would be withdrawn, or reduced, in

the future

® This was a particular challenge in relation towithdrawal of a national charity service which geaily
supports families of children up to the age of fdihis had been extended for all children over #igje in
this phase of the study.
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“my biggestworry | suppose is ensuring his needs in the future are.maetd | just don’t
feel that that is going to be placed based on the way thengsmoved at the moment [39:
mother of child aged 4 2]

In the face of potential service reduction, motteds® worried about their ability to continue
to provide care for their child into the futuretueularly as the child got bigger and more
difficult to manage. More general worries about¢héd’s future were also described.
Principally these were related to who would caretlie child if anything happened to the

mother. For the most part mothers hoped that thidavfall to siblings or family members.

Another cause of anxiety for mothers was the isdumving another baby. While this was
difficult for all mothers it was particularly pradainatic for mothers where there was a known
genetic component to the child’s condition. Theigssef genetic testing was complex, and did
little to alleviate these worries. One mother, vidnew she was a carrier of the child’s
condition, described the difficulties associatethviieing pregnant
“Its very sad actually.... knowthat | am a carrier of [child’s] condition right.l.carry it.....
so | know that should | have any more children there woeild bigh possibility that they
would be born like [child].... now to be honest | wouldr@deen told initially 18% but it is
actually 42% chance....but we decided to have [child] anyway..g (@use).....
Interviewer: Was that difficult [name]?
“l suppose it was because | didn't know what way he wouldoipe you know.... | could
guesghat he maybe hopefully he might look a little bit like bmgther you know...... and
there would be nothing verdisturbingwrong with him you know...visually disturbing
wrong with him..... and thankfully there wasn't... but | poge at some point we were kind
of going “oh Jesus, what if he has no... missing fingershatever”.... [39: mother of child
aged 4 2]

Having genetic testing after the child was bornuigtd its own set of fears over the decisions

that might accompany the results
“I wouldn't like to have to make that decision then..knowingthat your baby was
sick....... You know.....do you or don't you........ But likeedbuldneverlook [child] in the
eye again if I.... now everybody’s decision is completely gerlytpersonal, and | don’t

blameanybodyfor any decision that they are forced into..... but | coulthok [child] in the
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eye again if | had got rid of a baby that was not perfectcauldn'tdo that.... but do | have
the energy to do &gain...... | really just don’t know...... [16: mother of child agay

An additional feature of the mothers’ accounts wgsofound sense of loss and yearning.
Mothers described personal losses they incurredcasisequence of the situation: loss of
confidence and self-esteem, loss of opportunibesdcial interaction and employment, and
the loss associated with changed status. Theydeksaribed more intangible losses, in
particular the loss of a “normal” child and thenidjs anticipated and associated with normal
childhood
“I wouldlike to have the normal child.... the homework, the giving school,...you know,
“put your shoes, on do this do that”.... because you davé lthat with [child] you are doing
it all for her,.... and to have a child and to have a littleygitl always wanted ...... you
always wanted tdo things, but to be told that they are not going to bed.tarbe hit like
that.... but you know she just might be you always have that glimmer of hope.... [35:

mother of child aged 4]

Mothers were not the only family members to incmegative impact from the situation.
Despite the fact that mothers struggled to minirti@eimpact on siblings, and actively
worked to keep life as normal as possible for thiwey also described negative
consequences for siblings of the family situatidothers described how the burden of care
required by the young child with a life-limiting medevelopmental disability often
negatively impacted on the time available to ottteldren in the family. This resulted in
siblings not receiving the attention that mothezkdved they needed which was frequently a
source of guilt for mothers. At its most extremee enother described the situation in the
following way

“[sibling] hasno life you know.... she’s way behind in her development | kiloat.... and |

know being with [child] all the time doesn’t help.... butdn’t sit and do these learning

jigsaws.....I just don’t have th@me...” [61: mother of child aged 2 %]

Other negative impacts were also experienced byng#h The unpredictable nature of the
child’s condition made planning family occasionsast impossible, and all family plans
were subject to change at short notice depending the child’s health status on any given

day. Even scheduled activities and hobbies forrathiédren in the family could be difficult
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to organise and maintain in the face of the chipatecarious health status. In addition
frequent episodes of hospitalisation required leydhild resulted in mothers spending
frequent, and sometimes relatively long, periodayafkom home which some mothers felt

was difficult for siblings, especially young sildjs, to understand.

Like mothers, siblings too could be socially isethes a consequence of the family situation.
In some instances the fact that the child did raotel well limited family opportunities to
enjoy time together away from the home environm@ften the complex and unpredictable
nature of the child’s condition eliminated the pb#isy of a family holiday as mothers were
reluctant to take sick children too far from a htadpn which they were known. Sometimes
siblings were not invited to friend’s homes becanfstne limited possibility that this would
be reciprocated
“you know | have been in situations where parents have con@ermp &nd wonder why |
don’t do play dates..... I have had a teacher who asked woudthitdy.... when my child
was having problems in school and | went to speak to hersmd “why is my child having
these problems?” and she said to me “I notice that you domptay dates” ..... and | said “I
don’t know if you know about my situation but | have dcttwvho is in and out of hospital a
lot..... I don’t want to take the responsibility of somepadse’s child when | have my child
there” | said “Ican’t take the responsibility of somebody else’s child”.... andsstie to me
“if you did these play dates the other parents reciprocate” am.Wwondering to myselthy
does it take that.... they all know of my situation you know...... but yle¢cause | can’'t my

children have to suffer.... [04: mother of child aged 4 4].

More general impacts on the family were also dbsctiln some cases the family home was
overtaken by the equipment needed to provide caréhé child leaving little space to
accommodate other family members. Mothers alsordestfinancial strains associated with
the care of a young child with a life-limiting nedievelopmental disability. Extra money was
required for episodes of hospitalisation (traveqd accommodation), for medications that
were not covered by a GMS card, for equipmentwrze not supplied by services (or was too
slow arriving and needed to be purchased), for howéifications that were not covered by
grants, and in some instances to pay for privaeagy (particularly physiotherapy) where

the service fell far short of the child’'s needs.
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In some cases the relationship between parentalsasmpacted by the child’s condition
and its associations
“l definitelythink having a child with disability and a lot of medicakds does effect your
relationship...hugely.... and even though [husband] is the best in the wordhireally
is..... it doedefinitelyeffect..... and | definitely think it can be one of... | thithlat probably
it is a hard part as well..... [31: mother of child aged 5]
While many mothers described their partner as tjreiatest support in relation to the care of
their child, the situation did not appear to behwiit consequences for other aspects of the
couples’ relationship. Socially parents had ligfgortunity to spend time together. Many
mothers described that they rarely, or never, special time with their partner. For many
this time was just not available, for others thenptexity of the child’s condition made
getting out impossible as no suitable childcardadtbe arranged. Intimacy too could suffer
as a consequence of the situation. Some mothetbdethey were unable to leave the child
unattended overnight. Often this resulted in parshairing a room with the young child or

the mother sleeping in the young child’s room.

It appeared that relationships could suffer in pthays too. One mother described the
difficulty of trying to communicate, and the isotat experienced, when both parents do not
have the same goals for the child. There was orteenaho lived alone who participated in
the interview stage of the study. This mother dbedrhow the constant care requirements of
the child made it impossible to sustain a relatigmsand how cautious she would be about

introducing a new potential partner to the situatio

6.7.2.4 The Bigger Picture
In addition to the challenges experienced withefdmily mothers also described challenges

encountered in the world outside. While motherdatoeicount specific incidences which
were positive in terms of individuals providing @ssnce in difficult circumstances, most

described an outside world characterized by a géfeak of sensitivity and understanding.
Mothers reported that often people were slow twigehelp or assistance in social

situations, even when they were obviously strugphith the child or the child’s equipment.

They also frequently described what they belieweblet social perceptions of their child as a
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curiosity. This was encountered almost on a dalsi®when out with the child in public.
Mostly this took a passive form with mothers ddsiag how strangers frequently stared and
whispered when they were out with their child. Guoaally it took a more active mode in
the form of crass and insensitive remarks whichevesttremely painful for mothers, and to
which they were particularly sensitive. Nor weuels remarks confined to strangers and
members of the public. One mother described howsheéd never forget an encounter with
a hospital doctor in which he remarked

“well she won't be your typical Irish dancer”..... [35: mothéchild aged 4]

Many mothers described these situations and enemuas an inevitable aspect of life when
you have a young child with a life-limiting neura@¢éopmental disability. They were dealt
with in different ways. Some mothers reported thay had learned to accept and become
accustomed to these occurrences, while others ssguieconsiderable anger and felt that they
needed to confront the occurrences as they aitosaslhoped that confronting the situation
or person would minimise the potential for recucen

“like if you confront people then they won't do it again....ahitthey do see a little special

person then they won't stare the way they stare at me...like Hraither one that won't

stare, do you know what | mean... it's like you say to gelir'nowfuck you... [35: mother

of child aged 4]

6.7.2.5 Interim Summary of Family Related Themes
These themes portray a picture of family life wiaeyoung child has a life-limiting

neurodevelopmental disability. The child becomesfthcrum around which all family life
revolves, and the organisation of any family atfivs dependent upon the child’s needs on
any given day. Consequently mothers’ describedfsignt impacts on all family members
and all aspects of family life with family life characterised by uncertainty and
unpredictability.

The goal for mothers appeared to be bidirectiomathers’ efforts were focused on keeping
the child as well as possible, while simultaneotisiing to maintain a sense of normality
and minimise the impact on other family membersweler negotiating a balance within the

family, and a fit between the family and the comityyrwas only a part of the picture for
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these mothers who also needed to engage with afigata the services that provided for the

child’s care.

6.7.3 Service Related Themes
All of the mothers who participated in these intevss had extensive experiences of both

general paediatric services and disability servielesvever mothers appeared to
differentiated between hospital based and comminaised services. There was the
perception that the term “services” related to ¢hesrvices with which the child and family
engaged regularly in their day-to-day lives. Altgbuhe children required frequent hospital
admission mothers appeared to perceive this as gejtarate to their “normal” services.
While there were some differences amongst motimerslation to their experiences of
engagement with community based services, expaseoicengagement with hospital based

services were consistent amongst the mothers.

6.7.3.1 The Experience of Acute Services
Mothers described frequent episodes of hospitaisalf their child. Regardless of whether

this was in a major paediatric hospital, a regi@®alter, or a local tertiary hospital, these
appeared to be a less than positive experienaadtiiers. Nor did the experience appear to

improve over the course of the child’s often nurasrbospitalisations.

The major differentiating factor between admissabthe child to a local hospital and
admission to a regional or national center wassbige of expertise. Mothers believed that
local hospitals often lacked the expertise andifes necessary to provide the level of care
that their child required. Two types of expertisere&vimportant: medical expertise and
knowledge of local services. Medical expertise essential to the appropriate management
of the child’s condition, and was highly valuedrbgpthers especially if there was some
consistency in terms of the hospital staff. Motraescribed situations in which the
difference in expertise, or medical opinion, betwtxal hospitals and national centers
resulted in difficulties for the child and the meth

“her medicine is anothdiig thing....like every time she goes in they're altered...to [local

hospital] like....but yet [national hospital] said that theg ot to be messed around with....

that they put her on thight dose for her... just for instance the [drug] for her iriltgbto
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calm her down...she was on that and | found it really goodt.theudoctor in [local hospital]
reckoned that it was causing her to gag and wretch...she hawl igismind that this was the
reason...and | said “gouldn’t be because she is on it since she was a baby”....it couldn’t be
you know, cause [national hospital] hadn’t changed the amdont she had this in her head
anyway so she stopped the drug and gave her a new one. .e.loetitdrug was administered
under the tongue and [child] has an aversion to anything reanduth....I| mean that's why
we ended up with the NG feeding and then the PEG feeding angtleng like....so | was
saying ‘this is crazy...and the worst thing about it was she was getting her sleglicine at
about 9 o’clock or half nine and going to sleep... and Ithagive her this new drug under
her tongue atl o’clockwhile she was sleeping.... So | was nearly like going inrgutiown
the sheet and trying administer this medication.... and surestfeewould be awake and

hysterical again...it was nearly just you know.jake....” [61: mother of child aged 2 ¥3]

It also appeared that health-professionals knovdedghe services that were available to the
child and family at a local level was essentiabider to refer the child and family to services
that they would require on an ongoing basis. Wharal services were organised from an
acute hospital mothers described a much smootltemane seamless transition between

services.

In all other respects hospital based servicesydézss of where they were delivered, were
described as sharing many of the same problemis,episodes of hospitalisation causing
difficulties for mothers on a variety of levels.tAbugh mothers described many practical
difficulties associated with having a child in hitap(poor facilities, parking difficulties,
increased costs, trying to organise other childtdmome) it was the process of engagement
with hospital based services that appeared todgrémtest challenge for mothers. Several
difficulties were described. These included th#wates of medical staff, a lack of support for
parents, poor communication (with the parent, witier disciplines in the hospital, and with
the child’s local services) and a general perceptat the mother should fit with the needs

of the hospital during the child’s stay.
Mothers described attitudes of medical and nurstaff that were, at best paternalistic, and

in many cases dismissive. All mothers describelinge¢hat their unique knowledge of the

child and their experience and expertise in thielchcare was not valued or even
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acknowledged by hospital services. This was pddaiumarked in non-specialist hospitals
were mothers felt that they were probably more agpeed in the management of the child’s
care than some of the medical staff they encouttdileere was the perception amongst
these mothers that failure to acknowledge theiegige could delay the commencement of
appropriate management of the child’s problem. @o¢her, whose daughter presented as
she always did when her shunt became blocked,idedahe situation in a local hospital as
follows
“and you know | was asking them to do a CT Scan.... she wasghawnajor seizure.... like
huge long seizure going on for over an hour because the améwanldn’t find us.... and
the guy just wasn't listening to me.... even though | triembuld seehe was not listening to
me.... and it tookhree daysn there before she actually had a scan which showed
immediately that her shunt was blocked... so thatneally upsettingand | wrote letters and
stuff like that but.... [25: mother of child aged 6]

Mothers also described what they believed to bexgectation by the nursing staff on the
ward that the mother should make up for deficienoehe service and facilitate what
mothers believed was insufficient staffing by pobeg much of the hands-on care and
observation that the child required during the ltatipation. There appeared to be relatively
little acknowledgement that mothers may have obbga outside the hospital environment.
A mother, who had three other young children at &odescribed this situation
“l used to go home for a few hours in the eveninfpr. the other kids.....they [nurses] would
say to me that | went home at an awkward hour...I would geehmetween six and nine, and
they said that they had a changeover between eight and éityht.th [04: mother of child
aged 4 v3]

Poor communication was a major issue describeddthens in relation to hospital services.
Communication at every level appeared to causeudlies. Mothers felt that
communication with parents was lacking, and a @asommunication between different
health-professionals in the hospital was a cause#ral difficulties. More than one mother
described how planned surgery for the child waseled on the morning of operation
because of miscommunication between members dfdbpital team. In addition this, failure

of different hospital based teams to communicateiaithe child meant that mothers
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constantly had to repeat the child’s history froegioning to end. This was a cause of
considerable frustration for some mothers

“and then....afteanll of that, the anesthetist came down and asked had [child] bden.we

and | was like tvhat the fuckwould you read the file ....can you not see $ieeof it

like.....[16: mother of child aged 3]
The difficulties of poor communication were pervasthroughout mothers’ stories, and were
not confined only to episodes of hospitalisatiortiMers described difficulties associated
with failure of communication between hospitals] #etween hospitals and primary care
services. Two mothers proposed solutions to theblpm. Both suggested that this particular
problem could be ameliorated if parents held aitiaffrecord of their child’s care.

Given the difficulties associated with episodebadpitalisation it is probably unsurprising
that the longer the child was hospitalised the naaffecult it appeared to be for the mother to
carry on in that environment
“but at that point we had been there 4 weeks and | was jusuadgbroken.. that's is the
only word | can put on it.... | just came to breaking poiritjust said “I can’t stay here

anymore... lcan'tdo it.....” [39: mother of child aged 4 %]

Despite the difficulties encountered during hostays mothers did not describe any
difficulties associated with accessing acute hasp#ésed services during a crisis in the
child’s condition as this usually meant taking tiéld to an Accident and Emergency
department [A&E]. Because the child was ill theyrgvgenerally not subjected to long delays
waiting to be seen in the A&E. This was not theagibn with regards to obtaining
appointments and investigations however, where enstteported long delays and

difficulties in respect to this aspect of hospliaked services.

6.7.3.2 The Experience of Community Based Services
Experiences of community based services were niistent across all of the interviews.

Three mothers described that they were “very happifi the community based services

they received These families lived in different parts of theintry and the child’s diagnoses

® These included mothers of children aged 2, 3 af@e®graphical area included Munster and Leinster.
However, all of these mothers had services thaé Wwaral, had been organised through the child’sadpc
and all had a named professional person they aallan to organise additional requirements if rezbd
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and ages were not the same. Geographical variatidhe services provided may have been
responsible for this situation. Several instandegeographical inequality were described by
mothers, which in many cases were a cause of resait
“if we were living in the [next county] we'd have [servicepno. and | have contacted
[service]severaltimes to see if they can’t help in any way.... but becawsgale not in this
area they can't...... no..... none whatsoever..... [61: mother of algéd 2 5]
Mothers knew that neither the quantity nor quaditgervices were uniform across the
country from speaking with other parents who, altffoin situations similar to their own,
received different services. The remaining intesgevere consistent in their description of
community based services. All of the remaining recghexpressed a desire for better, more
frequent services that were easier to accesshlgsgaucratic and more attuned to the child’s

individual needs.

Mothers described community based services that tveth insufficient and inconsistent.
All mothers spoke of the “battle” to get the seeddhey believed their child required. This
metaphor consistently arose in interviews relativenothers’ attempts to access community
based services (although the metaphor originatigeain the surveys in Stage One). There
appeared to be a marked disparity between whathifet and family needed and what the
services could provide. Although mothers descrifadl more services of all kinds were
needed this was particularly marked in relationrigoing therapeutic interventions for the
child, most notably physiotherapy and occupatiohefapy

“if she needs more physiotherapy why can’t she get it%'s.going to helpherin the long

runand make things easier on me why doesn’t she get it.... | dodénstand it.... [61:

mother of child aged 2 ¥3]

Mostly mothers attributed this lack of essentia/ges to cutbacks, funding shortfalls, and a
moratorium on staff recruitment. They suggestetinbaonly was there insufficient funding

to operate services, but there were insufficiealthgrofessionals to deliver such services.
Therapists were not replaced when on maternityeleannual leave, sick leave etc. and so no
service was available to the child during theseasins. In addition some mothers expressed
the belief that their child’s limited potential fonproving caused them to be relegated to
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second place when scarce services were being edtidmis could take the form of services

not being offered to the child
“for me | feel that the mindset is that the more profouredcthild is.... the less they have to
do... I suppose dealing with the mind set of people thakpow when your child iso
profoundly disabled that mindset that well there is not avé can do here for this child, so
basically lets just give them the bare minimum” [34: motliehidd aged 2]

or the form of services being withdrawn from thdcth

“and for a long time | fought to get [child] Hydro Therapy.later there was the reasoning
that because [child] needs one to one care and there is nos @wayse that can take him
down.... my argument.... | hadlat of tears a lot obattlesover this... but my whole
argument was you know you are a moderate to severe service ..awakdoyv later on
[child] will still be here ...... and all those other kids yoame taken down to Hydro Therapy
now... | said they’'ll all be gone... | can understand you kmmnare all special needs
parents... but you know these children will all be goingmather services and will have
some kind of life outside.... and | sdidreis a child who is severe...... who will be
remainingin your services...howcan you turn around at this stage and say to him he is not
offered what every other child is offered.... | said there istbimg that he really, really
enjoys...why is iteveryother child here gets it apart from mine.[04: mother dficdjed 4

gl

In addition to inconsistent services, mothers disscribed the difficulties they encountered
with transient and inconsistent staff. This waxpaed as a problem for both the child and
the mother. Mothers found it easier to trust ifdlials who they felt knew the child. A
trusting relationship developed as the person wbvki¢h the child and family over a period
of time. Many mothers described how this was vefficdlt in terms of high staff turnover
and the perception that “it is only a job” to pemplho were only intermittently involved
with the child’s care. Mothers also described hbeytbelieved staff consistency had a

positive impact upon the care the child receives.

Along with the services required by the child, nesthdescribed services that they needed to
support them in their caring role, but which welsodacking. Many mothers felt that in-
home support services were insufficient, inflexitdehe needs of the child and family, and

in some cases were available in name only. Mottiessribed how support services seemed

to lack any proactive focus, appearing to be oaiteat towards crisis intervention only

216



“I think “why let things go so bad that you're down and and you're depressed”.....why
wait till then.....for a crisis to happen... or be on tergeof one....theyknow[child] is
very special, theknowhow difficult she is and how hard she is.... she is 24 bate... but

yet throw in an hour in the day time...It's an insult..61] mother of child aged 2 %]

Mothers outlined how the in-home support hourscalted to the family were insufficient to
meet their needs. They described having littleactmoice in relation to either the number of
hours provided, or the manner in which the hounevadelivered. It also appeared that home
support services could be reduced or withdrawn framilies without justification or
explanation. Withdrawal, or the constant threawitfidrawal, of in-home services was a
source of constant anxiety for mothers
“[service] is gone now this month, this is me last mootbet it .....so that's when [service]
ends and [home support worker] is gone.... | havielp now... my help is gone...... and |
do be panicky... thinking like I am on my own now, nom eally on my own... [35:
mother of child aged 3]
Many described being so desperate for any kind-blome support that they could not
distinguish between good and bad services.

Even a small reduction in home support hours wggfgant as it appeared to increase the
burden on the mother exponentially. One motherridsst how, when she questioned the
decision to reduce her support hours, she was toddel guilty and selfish
“I need home support, and not being made toda#ty about it...... or not feeling that |
don'treally deserve it because my child is not that bad...... | suppose like honest the
answer | have had is that | am bottom priority at the momerdand lam | mean there are
people out there who are really, really having a tough timenawthat.... but it doesn’t

mean that'm not....” (25: mother of child aged 6]

There also appeared to some confusion relatiieetalémarcation of some in-home support
roles. This was particularly problematic when améividual was performing more than one
role (for example home support worker on one dal/laame help on another). Mothers
reported that it could be difficult to be exact abthe remit of the role, and the adherence to
rigid, and in some cases nonsensical, rules abbat jobs could be performed were a cause

of frustration
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“I think they don’t really know their job..... there is smichconfusion... they are not
allowed to this, they are not allowed to do that.... theyallowed clean out the fire, but

they'renotallowed to clean out the fridge.... It'scrazy....” [61: mother of child aged 2 ¥%]

Respite services were another complex issue fonenst Only four families availed of out-
of-home respite care for their child. For theseil@nrespite was absolutely essential to
continued coping, although all of these motheitkfstt the need to explain, or justify, the
decision to use it. Out-of-home respite was noegvan uncomplicated affair. While one
mother described respite that was easy to acdes#hlé, and available whenever it was
needed, another described respite that was almpstsisible to avail of, extremely rigid, and

so difficult to access that it was hardly worth lghi
“| have respite in the [service] in [cify].... so | have to drive to [city] ....in [local town] |
have one weekend a year... well | haven’t even got itatipdicationis gone in for it, so.....
but its only one weekend a year.....

Interviewer: And how often have you got [city]?

“I haven’t had..... we couldn’t use it..... last May was the limsétwe used it.... because if
[child] has a head cold or flu or anything she is not alloteegb..... she has to be well, and
she hasn’beenwell.... she has been in and out of hospital..... and ififggbhad been sick if
she had a bug or something you can't just bring [chitdhecause there are sicker children
there...... So we haven’t been able to.... use it since last May...... Og§1: mother of
child aged 2 ¥2]

One mother, who had two children with a congemitaldition that caused them to almost
never sleep, described how respite had recently biered for both children, but on
different weekends. This was of little practicalueato the family, and they were waiting to

see if their request for a shared weekend coultbemmodated.

In-home respite was no less complicated as the leonaare required by the child made
getting a suitable carer very difficult. Often aatified professional carer was required but
their availability was limited. This resulted inmome respite hours being organised to suit
the needs of the carer rather than the needs ddmhidy

1% Travelling to this respite facility involved a 148ile round trip for the mother.
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“at the minute | have one night which you see.... then becauss aherseand she is a
pediatric nurse in [local hospital] .. you know let's sdyale a reallypadtwo nights and |
want her tomorrow night and she is working in the haspit.. then Ican’t get her ...so then
the days that... shepicks the days to come...... sometimes it suits and other tirdegs$n’t
you know...... themajority of times now it wouldn’t suit..... like she was on halg two
weeks last week or the week before... but when she came back [chilgilzimg] had a
bug.... and she couldn’'t come theither cause like she has two kids of her own...... what

can you do...” [61: mother of child aged 2 ¥2]

Overall community based services appeared to wewexpectations of mothers: firstly that
they should make up deficiencies and shortfallseivices, and secondly that they should fit
with the service that was provided rather than jliog a service that fitted the needs of the
child and family. Where services were absent asfiitsent mothers were expected to make
up this deficit
“So they were trying to employ one [occupational therapistjtaeg did get one on board.....
| think it was about 3 months afterwards an OT came on boahd then she got pregnant
so she left, and they never replaced her, so for 9 months.tredter only having an physio
for about 4 or 5 months, for 9 months there was nonthey.just kept telling me “yogot

the programme off [therapist] can you not work with that?[34: mother of child aged 2]

Many mothers reported a “take it or leave it” atdié from services. They also described
incidences of obstinate inflexibility which appedte demonstrate little understanding or

empathy for the child and mother’s situation
“it was my kid's sports day and | dropped him 12 masugarlier...... and | was told “your
time is allocated at 9.30” and it was 18 minutes past....... adsidd “if you want to come
in any earlier you are going to have to ok it with the Skiper’...... and | said “look it's
because usually [child] sleeps in the car” aedflainedthat he didn't sleep today and |
didn’t want him to be just sitting in his chair..... antthought | would just bring him in, and |
don’t have tdeaveuntil 9.30..... I can stay with him it’s just eantedto come, he
recognized the door he was trying to pull at the door tmgol didn’'t want to.... if | tried to
take him way he would have fought against it..... he woalgehust started to lie on the floor
and | would be upset..... so the easiest thing was..... buintemyery, veryhesitant to open
the door ... [04: mother of child aged 4 %]
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Mothers also depicted significant problems accessia equipment the child required to
support them in their day to day lives. Obtainiegessary equipment involved considerable
effort and substantial waiting periods on the pathe mother
“we had to wait ambsceneamount of time to get it....it wanonths and months and
months... of ringing and ringing and ringing....” [38: motherdafild aged 3]
In many cases the process of obtaining equipmesisegrotracted that the equipment no
longer met the child’s needs by the time it wadlalkée, while in others cases suitable
equipment was simply not available due to insugitifunding. Frequent encounters with
bureaucratic wrangling and cumbersome processesail®rs portrayed. These made life
incredibly difficult and appeared to be a signifitaource of stress. One mother proclaimed

“Like it's the systenthat would have an awful lot to answer for in the streg®um

[35: mother of child aged 4]

Many mothers explained how bureaucracy contribtagtieir overall burden of care. They
described the difficulty of constantly having t@apgly for the child’s entittements despite the
fact that it was obvious that the child’s circunmetas were not going to change, and they
described being shunted from department to depattwieen trying to access necessary
equipment and services
“and you have to keep ringing up and ringing up and ringmg.. like | had to get a house
phone for the simple reason that to make these phone callsrthkeé..... because they keep
you on hold for so long.... they would say “you aretlgh to the wrong department you
have to go through such-and-such department to get that” .yocaritave to deal with
somebody else then for the hoists and then for the equipmemtave to go througimother
department ..anotherone for your tubes..... and you say to yourbgeifthe one with the
sick child.... they just make life harder for people...” [35: hestof girl aged 4]

Paper-work was an additional cause of stress aisti&tion. Mothers described a process
that was not only difficult and time consuming tsfelf, but ofterineffectual and
frustrating as completed forms were misplaced artwa@ssing and the process needed to be

repeated or resulted in long delays
“Oh it’s terrible do you know...... itis... just like | was sick forveeektrying to fill up that

form... so then this letter thing came in the post and wisamvlit | just thought “Jesus why
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did I bother.... why didn't | just leave it, suffer on”..... its just &irms.... its allpressure...

its all “you have to have a form” faverything... [45: mother of child aged 4]

At a general level there was a perception amormyseanothers that general disability
services are not structured to accommodate theaiygdevel of complex medical care that
their child required. This was particularly evidémtases where the child was of an age to be
involved with education services. Mothers descriivbdt appeared to be a conflict between
two philosophies of care which resulted in the $talineeds of the child being overlooked
particularly where the child had multiple and coexpheeds. This could also result in poor
management of the child’s symptoms and an additimmaen on the mother
“I had to fight and fight to get her back into preschoaidose her preschool has never had
such a complex child..... they neveada child on Morphine there... they wouldn’t have as
sickas [child]... cause even though she is special needs sk&lksspecial needs child...so
like there is a control drugs book do you know ....whenlyand in Morphine and stuff....
and they have never had that so they still don’t have ieisthool because they have never
had a child on Morphine..... S0 it was meeting after meeting mietings.... but they still
don’t have the control drugs book so if [child] gets a paiw| have to go to the school and
give her the medicines... because they do not have this drugahddkey are not able to
give the drugs in the school...... so | am kinda putting héo ischool and then you have to
always have to have your phone knowing that she could negzhMeror she could need
Oromorph..... now they could give her Paralink..... but theedmg Morphine and getting

Paralink.... | mean that doesn't...there’ssense....” [35: mother of child aged 4]

6.7.3.3 General Service Related Issues
The previous two themes describe mothers’ expegen€ hospital and community based

services. These were presented separately bedasiseas the manner in which mothers
perceived and described them. However there weteisgues that crossed this border of
distinction and related more globally to issueseatice provision. These included

difficulties making contact with services, and thgportance of individuals within services.
Mothers reported significant difficulties they exigeced in relation to making contact with

services, both hospital and community based. Telepltommunication in particular

appeared to be a cause of considerable frustrafiothers described many instances of
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telephones persistently ringing out, excessivehglperiods of being left “on-hold”, not
knowing who they should be asking to speak to emrson never being available, being
transferred from department to department, cornigthetng “cut-off” and leaving multiple
messages on answer machines but never receiving i&lls. Not only did mothers feel that
this was unnecessary and wasteful of their timeptany reported feeling angry, frustrated
and humiliated. This is clearly evident in the deling description
“phone calls and phone calls, and phone calldesus..... when | finally got through | said
“hey can | speak to such and such a person” and they say “walling” and I'd say
“Imum’s name]” ... of course then you get “sorry she is ouhefoffice at the
moment”...... | mean it's vergonvenient.. so | would ring back in five minutes later and
say “hey its Maria O’Neill or somebody” she would coméhiat phone..... so they start to
avoid you do you know what | mean...... so then | started “bomre you were not in a
minute ago” and yoknowthat they are lying and then | loose the rag.... | mean you.do...
you have to make a tinker out of yourself..... you do.... aueto get in to these little
fights with people..... but they are being paid for thatnlnot being paid to be putting up
with “hold on”, “hold on”, “hold the line”, fuck off do you know what | mean, you don’t
havetimeto be sitting all day on phones to be making an ejit afsalf........ and you don't

want to bdoweringyourself as a person to these people either.... [35: motiobild aged 4]

The second issue that mothers reported which cetdtdbally to the services the family
received was much more positive. This related eadiilstinction between the “service” and
some of the “people” who delivered it. Just as racitftould describe specific incidences in
which strangers had been kind and helpful, all mxstisimilarly reported individuals who
they had encountered in services who were flexddeng and sympathetic, and who worked
outside the remit of their role to support the figmrhese individuals with their positive
attitudes and orientations came from all fieldservices and were highly valued and
appreciated by mothers. One mother described tfeyrd impact that such individuals
have on the child and family
“it's just like sometimes there’s axtraperson to love him for all that he is....it will alleviate
some of that.... it's like it's10tjust me and his dad that loves him...... it is somebody
else...... and this carer is good....it's funny the way people affect your life..... [04: meth
of child aged 4 V2]

222



6.7.3.4 Interim Summary of Service Related Themes
These themes present mothers’ experiences of emgagevith the services involved in the

care of the child and family. Mothers’ experienoésospital based services were consistent,
and unfortunately generally not positive. Motheesatibed a lack of specialist expertise at a
local level, poor facilities for parents of hostigad children, paternalistic attitudes from
staff, a lack of a partnership orientation, andrgmmmmunication at all levels.

Alternatively mothers’ descriptions of their exparces with community based services were
inconsistent. While a minority of mothers were happth the services they received the
majority described services that are insufficiamtpnsistent, bureaucratic and inflexible to
the needs of the child and family. Despite thisfradthers identified exceptional individuals
within services who worked hard, often outsiderdmait of their role, to make a positive

impact on the child and family’s situation.

6.7.4 Super Ordinate Themes
The themes related to focal areas of the study haga described. These have helped to

explain and expand the findings from Phase One.ddew consistent across, and
overarching, the entire data corpus, two supematdithemes were obvious in mothers’
stories. The first of these, “Waging a War”, delses the myriad of battles that families of
young children with life-limiting neurodevelopmehthisabilities encounter on an almost
daily basis. The second, “Just Getting on Withd#&scribes families’ experiences of the
management of everyday family life, and their eigrares of engagement with services.
These super ordinate themes help explain in a thoge-dimensional way the experiences of

the families who participated in this stage of shedy.

6.7.4.1 Waging a War
“I have learned along the way that ydohave to fight....andot feel bachbout

fighting....there’s been bt of tears.....dot of battles....... and some days youalaleto
fight the fight, and some days you just can't...” [04: motbiechild aged 4 2]

This theme relates to the ongoing battles facef@iylies of young children with life-

limiting neurodevelopmental disabilities. The thewss consistent across every mother’s
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story. Battles large and small were fought on amoat daily basis; they were motivated by
the best interests of the child, and fought to iobtdhat the child needed. These battles took
place on many levels. Mothers battled the instytéind uncertainty of the child’s condition;
they battled to reconcile the needs of all membétke family. Families battled to maintain
a sense of normality and stay afloat as a familyenhanaging the many demands of day-to-
day care; they battled with services to get whair tthild needed; they battled the beurecracy
of services that made life unnecessarily difficaligd they battled the social prejudices,
perceptions and difficulties they often encountetedividual battles were won and lost but
the long-term war continued. Winning a battle achtesomething positive for the child:
stabilization of the child’s health condition, atee service, equipment that was needed,
confronting a hurtful or crass comment or remarkilevloosing a battle meant that the child
was overlooked or forgotten. Mothers were anxiousriphasise that this war was absolutely
necessary. It was fought for, and motivated byy dmé child’s needs and entitlements. This
was a position that they would not have choserhi&d not been forced upon them. Fighting
was something they had been required to learrr@sudt of their experiences with their child
“always pushing | suppose..... you learn y@aveto push.... the person who asks it the
person who gets.....it doesn’t just come....... and if gon’'t ask then yowdon’t get... you
know maybe you might like to think that they see my chédds this and this... and may be
theywill just offer it to me andwon’t have to go and say “why aren’t you giving this to my
child”.... but youdo.... Youhaveto fight, youhaveto ask..... you have to demand “why not
my child, my child needs things too.....” [04: mother of dlaged 4 ¥3]

As in any conflict strategic planning was importaittere were occasions in which mothers
described having to “pick your battles”. Limitezsources and lack of funding meant that it
was not always possible to get exactly what wasleg@nd in these cases mothers

prioritised, and fought for, what was most impottanthe child at that particular time.

There were allies who could be called upon whep hels needed. For the most part family
and friends could be galvanized for psychologiceal practical support. Other parents, with
experiences similar to the mothers in this studgyided much valued information and
advice on how to navigate the many services inwblaghe care of the child and how best to
obtain what was needed. There were always excepiiotividuals in services who could be

relied upon to ameliorate the difficulties.
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Mothers stressed that the battle was against §thies” rather than against any particular
service or individual. They emphasised that thelyndit want this constant state of conflict,
however necessary, to define them and hoped teatativersaries could distinguish between
the mother fighting for her child and family, aftperson who was that mother

“I don't want to be seen as that parent....coming in and congtgrthanding all these

things... | don’t want to béhat... I'm notthat person really...[04: mother of child aged 4 %]

6.7.4.2 Getting On With It
This theme relates to families experience of evayyde when a young child has a life-

limited neurodevelopmental disability, and to thaimmorientation of services towards the
family. Mothers narratives described how eventutidre came a time when they had little
choice but to roll up their sleeves and get on withtask in hand

“eventually it's like “right, Ihaveto do this now ".....and then it just comes ....I don’t Wno

howbut it does.... you jusiet upandget onwith it” [12: mother of child aged 1]

Mothers’ stories suggested that they “got on wiitloiit of a combination of love and
devotion, a sense of duty, and a lack of choiceiffenl with technical skill, increased
confidence, a sense of personal strength, andus fat the positive elements of the situation
mothers managed to keep their child and family goiay by day. It was also evident from
some mothers’ stories that “getting on with it” vadso what services expected them to do
“it came to the stage that she was going in and out of hospitalich because she wss
irritable andso upset that they would say “you can't keep coming in hehaltime now”....

they thought that was just the way [child] was goingda. [61: mother of child aged 2 V3]

While good services provided the resources thaosmaped mothers to do this, often
insufficient, inconsistent and bureaucratic servilet them with no alternative
“but it gets to the stage where you just sayot.that anybody listens...you now when you
are fighting, fighting, fighting nobodystens..... SO you just get up and get on with it do you
know what | mean..... becausebodyis going to say “well hold on I will listen to you” do
you know what | mean... nobody is going to say “o..k .l.rre@¢what is your problem”....

because nobody does... [35: mother of child aged 4]
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This expectation that mothers get on with it waslyaexplicitly stated. The conveyance of
the message was generally subtle, and often claak@dtitudes and rhetoric of concern for
the mother
“and between theeamand thatiaison nursel was talking about and the girls frosefvicé they
would all be saying “nowpromiseme that you will look after yourself”... you knowafido this,
and do that, and the other”.....but no one was vgltm give me extraelpall the same....” [61:

mother of girl aged 2 %]

Getting on with it is exactly what mothers in tetsidy did. They got on with the complicated
task of caring for their child; they loved the chibr who they were while accepting the
reality of their circumstances; they got on withimsaining a sense of normality for other
children and for the family itself; they got on lvithe task of making up for deficiencies in
services while continuing to battle for better $eg for their child. Mothers in this study got
on with doing the very best they could, and remialskenany even managed to have
sufficient energy left over from coping with thengends of their own lives to provide

support to other families in situations similatheir own.

6.8 Summary of Key Findings from Phase One, Stage
Two
The findings from this stage of the study suggdest young children with life-limiting

neurodevelopmental disabilities suffer considergbigsical and social morbidity as a
consequence of their condition. The child’s comditiequires mothers to provide complex
medical and technological care, often on a 24-lhasis, and for which they receive little
training. Mothers describe being overwhelmed aretlmwdened, particularly in the early
stages of coming home from hospital with their@hithen community services have yet to

be mobilized and there is little support for thenily from local health services.

Family life was characterised by unpredictabilihdaincertainty, with families struggling to
maintain as normal a life as possible for all fgmilembers. In order to overcome the many
practical challenges that are encountered on @ dagis family life was planned and
executed with military precision. Internal and ertd resources were mobilized, and

partners, friends, family, and other parents inlsinsituations were called upon to provide
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practical assistance, information and supportpaigh it would appear that the mothers

assume the main role of care coordinator.

Oscillations in the child’s condition resulted inmerous episodes of hospitalisation, and
were a cause of suffering for both the child arertiother. The ongoing care of the child had
negative consequences for other family membersh&tetsuffered physically,
psychologically and socially as a consequenceeptbvision of care. Siblings suffered the
loss of opportunities for normal family interactidRelationships between parents were also
impacted. In addition, the family unit experiendencial strain and the challenges of
loosing their home environment as it was consunyeelgoipment needed for the care of the
child. Outside the context of the family familiedhabited an outside world that appeared

insensitive and lacking in understanding.

Experiences of hospital based services were censjstnd were generally not positive.
Mothers described poor facilities, paternalistitades, lack of partnership, and poor
communication. Experiences of community based seswvere inconsistent. While a
minority of mothers were happy with the servicesythreceived the majority reported
services that are insufficient, inconsistent, buceatic and inflexible. The lack of available,

consistent, dependable services was a constarsigméicant source of anxiety for mothers.

The overall experience of caring for a young chilth a life-limiting disability is
characterised by a constant struggle. Mothers neghag an ongoing basis because there
was no alternative. Yet despite all of the hardshipd challenges encountered mothers
focused on the love and devotion they gave to,racéived from, their child, and on the

positive elements of the family situation.

6.9 Preliminary Discussion
Without exception mothers’ accounts of providingect their children with life-limiting

neurodevelopmental disability are poignant. Then® and super ordinate themes inherent
in mothers’ narratives in this study are resonaitit wther qualitative work in the area of

childhood disability and childhood life-limitingliless, and the findings are generally
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consistent with other published research in trea4O’Brien, 2001, Alexandet al, 2002,
Redmond & Richardson, 2003, Steele & Davies, 2006).

The difficulties and challenges experienced bydi&lren in the sample for this study have
been enumerated in Chapter Five. This quantifindtimnvever does not necessarily provide
an insight into either the complexity of these dteh’s conditions, or the associated level of
care they require. Nor does it provide an insighd how the children are valued, cherished,
and incorporated into the family unit. These issarese as important features of the
interview data. The burden of care for a disablatlavith complex needs is widely reported
in published research literature (Redmond & Rickangd 2003; Quinet al, 2005; Erickson-
Warfield & Gulley, 2006; Monterosset al, 2007). Research shows that assessment of the
child’s general state of health, medical treatmeams time-consuming care activities are
common and integrated parts of the child’s carek(kd001; Nicholl, 2008; Ouellet, 2009)
which result in financial burden, burden due t@ef§ on family routine, and burden due to
the effects on the physical and mental health leérotamily members (Datt al, 2002,
Steele & Davies, 2006). The provision of high |level skilled care and expertise by mothers
of chronically ill children who require repeatedspdalisation has also been previously
documented (Balling & McCubbin, 2001) and similexdings have been reported in the
context of complex disability by Redmond and Ridsan (2003), children with life-limiting
illnesses (Quinmt al, 2005) and children with complex healthcare néalisholl, 2008).

Mothers descriptions of the exceptionality of thehrld echoes previous research related to
parents’ positive perceptions of a child with aathisity, and their descriptions of caring for
their child as both a source of distress and emésit is consistent with previous research
findings (Kearny & Griffin, 2001, Carnevalet al 2006; Truteet al, 2010). These findings
illustrate the conflicting, and usually concurrentotions, mothers’ experience, whereby
they report both positive psychological states,(joye, commitment, pride, hope) and
negative psychological states (anxiety, frustrataistress) as simultaneous aspects of care
giving. Some of the positive themes previously tded are recognisable in the narratives of
mothers in this study, especially those descrigtioiithe child as a source of joy and
happiness; increased sense of purpose; a soupegsainal growth and strength; and a source
of increased tolerance and understanding; and eegplpersonal networks (Stainton &
Besser, 1998; Green, 2007a). In a study of megidayile children Patterson and Garwick

228



(1994) suggests that mothers selectively atterldetgositive aspects of their child’'s
personality and behaviours while minimizing theitations of the health problems.
Minimising the health problems of their childrensa@ot evident in mothers’ narratives in
this study, possibly because the complexity ofdhiél’s condition and the associated care
required meant that this was not an option foreglmasthers. However, consistent with
Patterson and Garwick (1994) mothers did focushenttarmth and responsiveness of the
child, the child’s tenacity and perseverance, &edpositive ways in which the child

impacted on other family members.

Burr and Klein (1994) describe a conceptual franmévad coping strategies that families use
to manage adverse events and family stresses, afiavtyich are evident in mothers’
descriptions of their experiences of caring foirtbhild. Mothers’ demonstrated the use of
cognitive coping skills in their acceptance of trgfuation, attempts to gain useful
knowledge, and their increased independence afididétiency. They demonstrated
emotional coping skills in their expressed feelamgl affection for their child, and focus on
the positive aspects and elements of their sitnafibey demonstrated relationship coping in
their renegotiating of their relationships withithgartners and increased adaptability. Many
of the coping approaches to the ongoing manageafdainily life that mothers describe in
this stage of the study are similar to those dbsdrin the stress and coping literature
(Affleck et al, 1993; Turnbulkt al,1993; Park & Folkman, 1997; Fredrickson, 2001).
Folkman’s (1997) process of meaning making wasestith mothers’ narratives of positive
reappraisal and infusing events with positive megnTheir descriptions of these processes
supports Hauskov-Graungaatals (2011) model of resource creation, whereby that
stressors involved in caring for a child with sevdisability are so pervasive and ambiguous,
and challenge main beliefs and goals to such angxhat resource creation becomes a
basic necessity for coping with the situation. Thacept of “giving something back” was
important to mothers in this study, and althougbhil (2008) also reports this phenomena
in a study of mothers of children with complex neste suggests that the mothers in her
study felt under some “real or perceived pressuaotsome fundraising for the organisations
or services that provided help or services” (p.2r8) that this added a new dimension to the

phenomena of care-giving. This was not the motigptactor for mothers in this study.
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The process of normalization as a coping mechahesrbeen reported in research literature
related to children with severe disabilities archtelogy-dependency (Carnevateal,

2006; Hauskov-Graungaaed al, 2011). Mothers in this study reinforced the cquad their
family as normal through peer-support. Peer-suppastbeen identified as an important
coping resource for parents of disabled childremsg; 2000) and for parents of children with
complex needs (Cartet al, 2007), although generally this has been repontd¢ide context

of information gathering and providing social oppoities for parents.

The general strategies that mothers used to matege day are similar to those identified
by Clarke-Steffen (1997) in a study of mothershufdren diagnosed with cancer,
particularly in relation to reorganizing roles, Biating and shifting priorities, assigning
meaning to the illness, and managing therapeugionens. Mothers descriptions of day to
day family management exemplify the Enduring famignagement style described by
Knafl et al (1996) and Knafl and Detrick (2003) in which faied of a child with a chronic
condition describe themselves as burdened butdemifiof their ability to manage whilst at
the same time focused on the tremendous efforinedjto adhere to the treatment regime.
There is a sense in which the experience of lithiwithe family, trying to manage the
situation but hoping that things will get betteiirnors the experience of the interaction

between the family and the outside world of semice

There are also parallels between this study’'s suhéh*Keeping the Show on the Road” and
Seele and Davies’s (2006) theme “Holding the F@téele and Davis describe a grounded
theory study of the experiences of families caforga child with a progressive, life-
threatening illness that are characterised by drogiphysical care, living by the clock, and
coordinating services. Mothers’ narratives in 8tigdy also resonate with O’'Brien’s (2001)
descriptions of the dimensions of family life wling-term childhood technology
dependence which she categorises into four dimesisinaking sense of life; managing daily
life; maintaining a functioning family; and negdtray with outside entities. The concept of
battling and struggling has also been previoughpred in the literature and is consistent
with mothers’ narratives in this study. Alexane@erl (2002) describe “struggling daily” as a
major theme to emerge from their grounded thearghsbf mothers of children with

complex needs.
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Mothers’ descriptions of their experiences with conmity services are generally consistent
with research in this area (Redmond & Richards6032Hunt, Elston & Galloway, 2003;
Quinnet al, 2005; Ouellet, 2009) particularly in relationdifficulties associated with
communication, approach to care, accessing esksatiaces and equipment and beurecracy.
Watsonet al (2002) identifies inadequate discharge arrangesreamd poor liaison between
acute and community health professionals amongsbainriers to effective multi-agency
working in the care of children with complex heattire needs. Both of these issues were

evident in the findings of this study.

In contrast to Quinet al (2005) mothers in this study did not report pesitexperiences of
hospital based services. Mothers’ concerns aboat thiey perceived to be understaffing or
unavailability of nurses to render care in hosmtaitexts are consistent with other reports of
an unspoken assumption that parents would be &latia assist in their child’s care because
nurses were often too busy (Warner, 2000; Ballingl&ubbin, 2001; Avis & Reardon,
2008). The children in this study required repediespitalisations, the assumption by nurses
that parents would be present and constantly dtaita deliver care at the bedside at all
times placed an additional stress on mothers. itgensistent with previous research
reporting that there is now an expectation thagparwould remain with their child during
hospitalisation and carry out the majority of tlagdo-day care (Reeves, Timmons &
Dampier 2006; Coyne, 2007; Coyne & Cowley, 2007).

6.10 Strengths and Limitations of Phase One, Stage  Two
As with Stage One of the study, this stage hasqodat strengths and weaknesses that must

be considered in the context of the conclusionsaredrawn. Participants were drawn from
the sample used in Stage One; the limitationsisfdhmpling frame have already been
discussed in Chapter Five. However, every effod made to sample participants in an
objective and representative way, and the procefdurgelecting interviewees ensured that
participants from all ranges of family impact scweere included in this stage of the study
which facilitated as broad a perspective as passibl

The lack of gender representativeness may be amesich potential second limitation. This
study presents mothers narratives, and is confmaddescription of mothers’ experiences of

caring for their young child with a life-limited neodevelopmental disability. It was not
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intended to exclude fathers from this stage ofstney. Although three fathers had returned
consent forms indicating their willingness to papate in this stage, they were not selected
in the process of random selection used to idepafgnts for interview. However, since
previous research has indicated the mothers are hkety to be directly involved in the
child’s routine medical care (Green, 2007; Montsoet al 2007; Manaseri, 2008) there is
considerable merit in capturing the experiencesagitions of mothers whose vital care
work for their young children with life-limiting neodevelopmental disabilities is often

unacknowledged and undervalued.

6.11 Conclusion
This chapter has provided an overview of the qat@hi¢ stage of the first phase of this study.

The research design, its implementation, and isstig@gality have been discussed. The

method of data analysis has been described.

The findings of this stage of the study expand support the findings from the parents’
survey data obtained in the previous stage, anglzies the sequential explanatory design
used in Phase One. The findings provide a morastiopicture of the experience of caring
for a young child with a life-limiting neurodevelmental disability, and the myriad ways in
which this impacts on all members of the family atiddimensions of family life. Mothers’
narratives in this stage are supportive of prevouaitative studies which have described
mothers’ experiences of caring for children wifieiimiting conditions and complex

disabilities.
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Chapter 7: Phase Two: Delphi and Findings

“Experience is the oracle of truth; and where its responses egaiuacal they ought to be conclusive
and sacred”

Alexander Hamilton & James Madison (1787)
The Federalist Paperso. 20, December 11

7.1 Introduction
This chapter presents an overview of Phase Twheo$tudy and its findings. As previously

indicated in Chapter Four this phase addressesigugsbout service providers’
perspectives on the nature and type of servicesd®d to children with life-limiting
neurodevelopmental disabilities and their familiess concerned with obtaining expert
opinion related to three broad topic areas andesdés the following research questions -

* What are the goals of care for children with lif@iting neurodevelopmental

disabilities and their families?
* How well do current services meet the needs oktlebgdren and their families?
* What changes are necessary to current servicagptove the care of children with

life-limiting developmental disabilities and théamilies?

This phase utilises a Delphi design. Delphi is msemsus method which facilitates
communication between and among a panel of exgerthat the process is effective and the
group as a whole can deal with a complex probleims(bne & Turoff, 1975; Finlet al,

1984; Mead & Moseley, 2001; Keeneyal, 2001; Vernon, 2009). Currently there is very
limited evidence of expert opinion in this aregjtode evidence-based decision making and
the Delphi method is particularly suited to sudhations (Hassoat al, 2000; Meade &
Moseley, 2001; Powell, 2003; Cook, Brismee & Si2805). In addition, because the
opinion of a nationally representative panel oferxpwas required, using Delphi eliminated
the practical difficulties of trying to assemblgeographically dispersed group (Linstone &
Turoff, 1975; Critcher & Gladstone, 1998), and @m®nymity afforded by the method
prevented any potential possibility that group dyies and hierarchies might influence
individuals to conform to group opinion (Beech, 29®ead & Moseley, 2001; Garavalia &
Gredler, 2004).
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The chapter is presented in two parts. The firgviples both a theoretical and practical
discussion of the issues that are consideredariticthe implementation of Delphi, and
applies these critical features to the currentystliie second part of the chapter reports and
discusses the findings of the Delphi. The finding§be integrated with those from Phase
One of the study in the next chapter.

7.2 The Delphi Method

The Delphi method was developed for the purposesildhry forecasting and planning in
the early 1950s (Brown, Cochran & Dalkey, 1969).r&ecently Delphi has been used as a
constructive method in facilitating controlled,icsale group communication to develop
knowledge for decision making (du Plessis & Hun0Q7). Ziglio (1996) proposes three
situations in which Delphi is the method of chofagforecasting future trends, (b)
investigating questions that have little or nodnisial information, and (c) addressing
guestions which require the consideration of numeissues where there is a need for

pooled judgment.

Multiple definitions of Delphi exist (McKenna, 1984Hassoret al, 2000; Mead & Moseley,
2001; Brink, 2002; Powell, 2003, 2004; De Villietsal, 2005;) and Delphi has been
variously labeled in the literature as a “techeitj@a “process”, a “method”, an “exercise”
and a “survey” (Criset al, 1999; Mullen, 2003). Linstone and Turoff (19758)ile
acknowledging the many disparate views as to wisithe most appropriate or best
procedure, provide a broad definition of Delphi‘@snethod for structuring a group
communication process so the process is effeatiaiowing a group of individuals, as a
whole, to deal with a complex problem”. Indeed ssmsnvariations of Delphi are used by
researchers that McKenna (1994a) and Mead and Bp&2001) propose the term Delphi
“approach” as a more accurate description of iteynaactical applications. Research
literature is replete with studies reporting the og“modified” Delphi forms (Carnes,
Mullinger & Underwood2010; Changet al 2010; Sue Hoyet al, 2010; Jestet al, 2010;
MacNeelaet al, 2010, West, 2010; Wilscet al, 2010; Wilson & Moffett, 2010; Zeigler &
Decker-Walters, 2010).
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However, such modifications have been the focusio€ism as far back as the mid-1970s
with several areas of concern identified. Sackni&7%) originally raised issues regarding
the methodological rigor of modifications madehe briginal Delphi form, while Hassat
al (2000) suggest that the absence of universal édefor Delphi can result in
methodological difficulties where judgments havdéd¢omade in the absence of sound
guidance. Despite its increasing popularity in titeedsearch Keenest al (2006) suggest
that much confusion, disagreement and uncertakiggseconcerning the basic principles

intrinsic to the application of Delphi.

7.3 Core Features and Stages of a Delphi
Although widespread use of Delphi has resultedhimous approaches, all applications

describe common features of the technique, narhalyitinvolves a series of sequential
guestionnaires or rounds, interspersed by contréledback, designed to elicit the most
reliable consensus of opinion among a panel ofexpBalkey (1969) identified the
following essential features of the Delphi: anonyusioesponse, whereby the opinion of
group members are obtained by formal questionniénetion and controlled feedback,
whereby interaction is effected by a systematic@se conducted in several iterations with
carefully controlled feedback between rounds; datissical group response, whereby the
group opinion is defined as an appropriate aggeeggindividual opinion on the final round.
Du Plessis and Human (2007) add an additional &akeharacteristic - the selection of

experts as respondents.

Mead and Moseley (2001:10) identify six stages v in a conventional Delphi study
similar to those originally identified by Turoff @Z5). These include (1) selection of a panel
of experts; (2) formulation of the question; (3tetment generation; (4) reduction and
categorisation; (5) rating; and (6) analysis andaition. In between the rating rounds a
process of analysis of the received data take® pldee responses are collated and the
original or revised questionnaire is re-circuladedompanied by an anonymised summary of
responses (Mullen, 2003). The result is a “multjstgprocess whereby each iteration builds
upon the results of the previous one (McKenna, 4984ene\et al, 2001) [Figure 7.1].
Repeat rounds of the process are conducted withlipeminvited to confirm or modify their

previous responses in the context of the opinicth@fgroup until consensus has been
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reached or no further changes are taking placel@u2003). Consensus is assessed, or
obtained, by asking respondents to accept, regauk, or rate statements from the previous
rounds (Stewart, 2001) thus the logic behind Deilppiartly statistical taking as a group
response a statistical aggregate of the final arss{ialkey, Brown & Cochran, 1969).

Figure 7.1 The Delphi Process

Round One-—
Collection of Qualitative or Quantitative Data
Development of questionnaire to be used in subsgqoands

v

Round Two — Quantitative Round
Distribution of questionnaire to panel of experts
Analysis of data returned in round 2

Round 3- Quantitative Round.
Redistribution of questionnaire to panel indicatindividual responses from previous round and huig t
compares with group responses

Analysis of data returned in round 3

|

v v
Consensus of Opinion from Panel No Consensus of @pirfrom Panel
Study Completed Repeat quantitative round until corssss is reached

Adapted from du Plessis & Human (2007)

It is important to emphasis that the Delphi metddftérs from more traditional survey
methodologies. While the descriptive function ofaingurvey research is dependent upon
instrumentation, measurement and observation, giyesing sampling and inferential
statistics to estimate the characteristics of aasgmntative finite population from a random
sample (De Vaus, 2002a; Bruetal, 2008), in Delphi the desired goal is the secuadhg
consensus on expert opinion. The following sectisitisconsider individually each of the

critical components of the Delphi process and discbeir application to the current study.

7.3.1 Selection of the Expert Panel
The credibility of the Delphi technique is heavilgpendent upon the composition of the

expert panel of respondents (Cretpal, 1997; Hassoet al, 2000; Vernon, 2009), and a

typical criticism leveled at the technique is tesue of how to choose a “good” respondent
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group (Campbelét al, 1999). Critcher and Gladstone (1998) suggesiwthde the selection
of the panel is essentially a subjective exerdisekey issues to be considered are the nature
of each individual participant’s interest, and tispth and range of expertise of the panel as a

whole.

Although central to the credibility of Delphi stedi, there is debate in the literature regarding
the concept of “expertise” used in the Delphi appto There is little consensus with regards
to the definition of an expert, and inconsistereyarding the variable characteristics that an
“expert” should possess (Firek al, 1984; McKenna, 1994a; Greenal, 1999; Hassost al,
2000). Even the term “expert” is open to interpiietaand has been variously defined
(Goodman, 1987; McKenna, 1994a; Greg¢ml,1999). Powell (2003) suggests that experts
should be chosen for their work in the appropréats and credibility with the target
audience, while Goodman (1987) proposes that ilavbe more appropriate to recruit
individuals who have knowledge of a particular tophd who are consequently willing to
engage in discussion about it without the potdmgtiaisleading title of “expert”. Rather than
define the criteria for expertise Goodman (198 ggests that the researcher has a
responsibility to explicate and justify the selentprocedures used to select participants and
the basis on which they were chosen. Vernon (2608¢urs, suggesting that the criteria for
expertise should be defined within the study carasxt will vary depending upon the needs
of the study. He suggests that the researcheKsdds define and justify the criteria used in

their particular study.

7.3.1.1 Selection of the Expert Panel for the Study
There were two elements to the selection of therganel for this study, with the sampling

strategy involving a combination of purposeful amdwball sampling techniques [Figure
7.2]. The first involved the selection of three d@lates to participate in qualitative
interviews. These were chosen from the expert gvadup assisted with the development of
the parents’ questionnaire used in Phase One aittioly. The purpose of conducting these
interviews was twofold: firstly to obtain as mua@iavant and comprehensive information as
possible in order to assist with the formulatiorireff questionnaire, and secondly to identify
potential candidates for the formation of the ekpanel who would participate in the

iterative rounds of the questionnaire.
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It was imperative that all services providing cerehildren with life-limiting
neurodevelopmental disabilities and their familiese represented in the interviews. These
included three service groupings; general paediatriellectual disability and palliative care
services, and the three expert interviewees wengogefully selected on the basis that each
represented a different service group. This ensar@mmprehensive and representative range
of opinion was obtained during the interviews, #mat a broad range of experts from a
variety of services could be indentified for pagation in the iterative Delphi rounds. Expert
interviewees were not included in subsequent roofttse Delphi questionnaire, although
they did participate in the pilot of the variousegtionnaires and reviewed them for face and

content validity.

The second element involved the identificationnafividuals to form the expert panel for this
study. The group of experts for the iterative rantithe Delphi were selected using a
combination of purposeful and snowball samplingo\@all sampling is a frequently used
sampling strategy when the researcher does notdwess to a population from which to
draw a sample, or where the nature of the resgaggact makes drawing a representative
sample impossible (Dattalo, 2008; Nagy Hesse-Be&beeavy, 2010). The three
interviewees were asked to identify other healtifggsionals who they considered to be
experts in the care of children with life-limitimpurodevelopmental disabilities and their
families, and who met the study’s inclusion crieftach individual identified was then

asked to nominate other experts who also met ttiesion criteria for the study.

Figure 7.2Selection of the Expert Panel for the Study

Stage OnéInterview Stage) <«— Purposeful Sampling
Three interviewees selected on the basis of
Experts involved in the development and validatiofiamiliarity with the study population & specific

of the parents’ survey (1uestionnaire service area
Stage Twq(lterative Rounds) <+—>» Snowball Sampling

Subsequent panel members approached on the basis
of recommendation & compatibility with the study’s

Experts approached on the basis of recommendatianteria for expertise
by above l

Experts approached on the basis of recommendation
by above
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Where possible potential participants were ingialbntacted by telephone. This strategy was
adopted in light of McKenna’s (1994a, 1994b) andnéa’s (2009) suggestion that personal
contact can increase recruitment and help reduceaat rates in subsequent rounds.
However, given the nature of the respondent pdeltas not always possible. It was
difficult to make direct contact with some commurbaised participants as they were often
geographically mobile and without a stable basadudiition because the entire expert panel
had a busy clinical remit contacting individualsaatonvenient time was often extremely
difficult. All potential participants received ater inviting their involvement in the study
[Appendix 1] and an information leaflet outlininye details of the study. Included were
details of the study’s nature and objectives, tueimre of the expert panel, the importance and
obligations of participants, length of time thedstuwvould take, and what information would

be shared amongst participants [Appendix J].

7.3.1.2 Criteria for Expertise in the Study
In this study various forms of expertise were nélemied it was necessary to introduce as

many relevant issues as possible into the studys&yuently input was solicited from a
broad-based expert panel. Two key characteristere wought in panel participants —
Expertise and Credibility. In the context of expstit was necessary to ensure that different
points of view (e.g. in terms of discipline, praetiexperience etc.) relevant to the care of
children with life-limiting neurodevelopmental dishties and their families were adequately
reflected so that informed and relevant opinionldde gathered. It was also essential that
panelists were credible so that opinions wouldaen seriously by others working in the

area and beyond.

Credibility was demonstrated by the fact that indlials were recruited to the panel on the
basis of having being identified as “expert” byaaigty of their peers. This was reinforced as
many panel members were recommended by more threantbar expert in the field. The
study considered an individual to be an “experth&y met the following inclusion criteria —
(1) Held a professionally recognised health-relapealification.
(2) Had no less than five years experience progidare to children with life-

limiting neurodevelopmental disabilities and tHeamilies.
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7.3.2 Size of the Expert Panel
Once the nature of expertise required for the shadybeen defined, the sample size for each

round of the Delphi needs to be decided. The sasipéefor constructing a Delphi panel is
not a statistically bound decision (Atkiasal, 2005), and optimal panel size has not been
established (Campbadt al, 1999; Powell, 2003; Vernon, 2009). Consequehily ¢lear

from the research literature that there are widatians in the numbers used. Both Dallety
al (1969) and Linstone (1978) propose seven as aldeipanel size suggesting accuracy
deteriorates rapidly with smaller sizes and impsowvere slowly with larger numbers. Turoff
(1975) recommends a minimum of 10 and a maximuB0ajin the panel. Delbe&] al

(1975) advises that with a homogeneous group gblpeld to 15 participants may be
enough. Ziglio (1996) concurs, suggesting that gesdlts can be obtained with a relatively
small group of homogenous experts, although witlspecifying what number constitutes a

“small” Delphi sample.

Efforts to establish optimum panel size have preduarious results. Dalket al (1972)
correlated the responses of pairs of panels oivasize and reported the resulting average
statistics as reliabilities, noting an increaseeirability as group size increases from three to
eleven. For 11 member panels he reported a retiabifl0.76, but omitted the number of
rounds which determined this statistic. Dagena33 §) later assembled two similar Delphi
panels of 11 members each and reported reliabilii®.24 — 1, somewhat lower than
Dalkeyet als (1972), with successful convergence after romvm More recently Murphet

al (1998) suggest that reliability declines rapidighngroups of fewer than six participants
whereas with groups of above 12 improvements iabiity are generally subject to
diminishing returns. Current opinion proposes thatdecision about panel size is essentially
pragmatic, taking into consideration factors suglh& purpose of the project, the design
selected, time and expense (Hassbal, 2000, Keenegt al2001). Powell (2003) suggests
that representation should be assessed by theyguzher than the number of panel
members. Reid (1988) notes that the evidence frost studies suggests that the larger the
panel size the higher the attrition rate; with paueé about 20 members tending to keep their
numbers. The suggestion that having more resposidehbetter for reaching a consensus
appears to be without empirical foundation (Muretal 1998; Greert al, 1999; Hassoet

al, 2000; Powell, 2003).
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Allied to the issue of panel size is the issuettiteon over the course of the Delphi. Given
the repetitive nature of the Delphi process pauéints can loose motivation and drop out
before the last Delphi round. Critcher and Gladsti®98) report that participation rates are
typically between half and two-thirds at each staigghe Delphi. It is possible that high
attrition rates can introduce a response bias wiittfadversely influence the Delphi
findings (Williams & Webb, 1994). Walker and Se(f©96) suggest that a minimum 70%
response rate should be achieved in order to minggr, although they offer no empirical

justification for this particular threshold.

7.3.2.1 Size of the Expert Panel for the Study
Although there are various recommendations, theligtle agreement in the literature

regarding what constitutes a panel of sufficien¢ $or a Delphi, nor is there unequivocal
definition in the literature of “small” or “largeDelphi panels. In the absence of empirical
evidence or criteria against which panel size eajutlged other factors were considered
relevant in this study. These included: ensurirgpnel was of sufficient size to address the
research questions; achieving maximum responsenarichum attrition rates over the course
of the Delphi; ensuring the Delphi could be comgidiein the timeframe available for the
study.

The original target for the expert panel was 20viddials, and the sampling strategy
described above identified 24 experts who werel#égo participate (many names tended to
recur and were identified from several separateces). All 24 experts were approached to
seek their involvement in the study, and of the3eeturned consent forms agreeing to
participate [Appendix J]. Unfortunately one partefisbsequently withdrew before the study
commenced citing pressure of work, and a furthes, falthough initially returning consent
forms, returned no questionnaires for any of thipBieounds. Thus the final panel
consisted of thirteen expert members. Although cmaipvely small, given the homogeneous
background of the Delphi subjects this still conséid a panel of sufficient size for a credible
Delphi (Delbeccet al, 1975; Ziglio, 1996; Murpht al, 1998).
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7.3.2.2 Final Composition of the Expert Panel
The 13 members of the panel of experts originataah fall disciplines and services providing

care to children with life-limiting neurodevelopmahdisabilities and their families. It was a
nationally representative sample. Statutory, v@onand charity organisations were

represented.

At an organisational level six members of the pavaked in statutory services, five in
voluntary services and the remaining two in indeleen charity services. Six members of the
panel came from the general paediatric services ffom intellectual disability services and
the remaining two from palliative care servicestl#d level of professional discipline five
panelists were from nursing / therapy discipliritesee from medicine, four were service
managers / coordinators, and one from the dis@mirsocial work.

This range of expertise lends credibility to thedstas it ensured a comprehensive

representation of experiences, views and opinions.

7.3.3 Number of Delphi Rounds

In common with the issues of expertise and pazel tsie question of the number of
iterations included in a Delphi also appears sonag\afbitrary. Young and Hogben (1978)
suggest that the classic Delphi typically incluttes rounds of questionnaires and feedback.
A study by Erffmeyeet al (1986) provided empirical support for this, dentoatsng that
groups reached the point of stability in their dea making after the fourth iteration. Turoff
(1975) suggests that five rounds of Delphi may éeessary to meet all of its objectives,
although qualifies this by suggesting that the nentbay be lower where the research teams
are able to formulate main issues and options eatifidence beforehand. More recently
Thangaratinam and Redman (2005) suggest that ebdisions about the number of rounds
are largely pragmatic, a valid Delphi study woutthsist of at least a three-iteration
guestionnaire. Finkt al (1984) propose the survey is conducted over thréeur rounds,
while Critcher and Gladstone (1998) suggest trentimber of rounds may be as few as two
or as many as five proposing that, in general,aedpents’ positions are unlikely to change
after two or three rounds. Linstone and Turoff @)R&dgree suggesting that most commonly
three rounds are sufficient to attain stabilitghe responses with further rounds tending to

show very little change and excessive repetitidndanacceptable to participants. The
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number of iterations in a Delphi has also beerekhto the issue of attrition with Walker and
Selfe (1996) and McKenna (1994a) suggesting tleatrtany rounds may lead to fatigue by
respondents and subsequently increase attrities.rgeenet al (2001) concur, suggesting
that it is difficult to retain a high response rat¢hin a Delphi that has many rounds although

neither specify exactly “how many” rounds cons#t(too many”.

It has also been argued that it is the achievewiengisponse stability rather than a defined
number of rounds that should herald the signaldp polling (Scheibet al, 1975; Linstone

& Turoff, 1975; Rowe & Wright, 2001). Scheile¢ al (1975) suggest this is represented by a
15% change level. They suggest that any two digiohs that show marginal changes of less
than 15% may be said to have reached stabilityeveny successive distributions with more
than 15% change should be included in later routibility does not equate to complete
convergence but Rowe and Wright (2001), and Retad (2005), suggest that once response
stability has been achieved it would be a mistakeonduct additional rounds in the hope of
forcing consensus. They suggest that rather ttsgeeified number of rounds designed to
force consensus, response stability should henaldignal to stop polling, with disagreement

accepted as informative.

7.3.3.1 Number of Rounds in the Current Study
Each member of the expert panel in the study Hawbsg clinical remit. McKenna (1994)

suggests that this must be considered in the cbotélie number of Delphi iterations that it

is feasible to conduct. In addition, a high numtiebelphi rounds have been associated with
increased attrition from studies (Walker & Self@94; Keeneyet al,2001) which would

have been a significant issue in a study suchiasvith a relatively small expert panel.
Consequently it was decided that this Delphi wontdude three iterations, and that response
stability would be measured and reported as abiktiacheck to ensure that sufficient

rounds were conducted.

7.3.4 Feedback to Panelists
Feedback between rounds is a critical feature gblidevhich enables participants to

consider their position in relation to the assesgmef the panel as a whole, and it has been
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demonstrated that panel judgments’ can be influbgethe type of feedback provided
(Scheibeet al, 1975; Campbekt al, 1999). Duffield (1993) suggests that feedbacktalia

two forms: the panel can be supplied with sta@dtiesults alone, or with a summary of
comments in support of other panel members’ detssibhere is some evidence that
information on the reasons for divergent views @enuseful than simply feeding back the
ratings (Murphyet al, 1998; Rowe & Wright, 2001, 2005). According towig and Hogben
(1978) providing a summary of comments elicits ma@soned responses and decreases the
time taken to complete a Delphi round while Dutfi¢1993) proposes that providing a
summary of opinion also ensures that consensesiched more quickly by two or at most
three rounds. No comment is made however on timedbthat this should take or the

increased workload for respondents.

An additional issue to be considered in the condéxtedback is Jones and Hunter’s (1995,
2000) warning that in feeding back the group’s oese it should be made clear to each
participant that they need not conform to the graew, although they suggest that the
researcher may ask participants who they haveifashéas outliers to provide written
justification for their responses. Similarly Altadd (2003) suggests that the iteration
characteristics of the Delphi could potentially leleanvestigators to mould opinion based
upon the feedback provided between rounds and ate®that the nature of feedback
provided to respondents should be made explicit.

Despite its centrality to the process there ikel#tvidence as to what is the best type of
feedback, with the nature and type of feedbackigealto respondents often not discussed in
Delphi studies beyond a general comment that is“pr@vided” (Staggermst al, 2002; Steele
et al 2008; Hemmingst al, 2009; Greert al, 2009; Wilson & Moffat, 2010). Where
feedback is reported it generally takes the forrmeéasures of central tendency and
dispersion although this too can take variable orim a study identifying the core
components of cultural competence Jietal (2009) provided respondents with the median
result for each statement together with their omciviidual response, while in a study
attempting to develop benchmarking inventoriesstseas the content of telephone
consultations in accident and emergency departn@atschet al (2002) provided
respondents with the median and range for quesioaitems. In a study similar to that of
Jirweet al (2009), but this time identifying the core elenseot nursing, Scott al (2006)
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provided respondents with only the mean scoredohatem and did not include
respondents’ previous scores. Mean item scores algoeused to provide feedback by
Snookset al (2009). Conversely Haines and Critchley (20099 study of barriers and
enablers of developing a nurse practitioner roteigied respondents with bar graphs and

percentages demonstrating where their opinion waatsd relative to that of the group.

7.3.4.1 Feedback Strategy in Current Study
This study adopted the feedback strategy propogddtes and Hunter (1995) who suggest

that agreement with statements be summarised aoded using the median, and consensus
assessed and reported using the interquartile séogeontinuous numerical scales.
Respondents were provided with these summary titatlsetween rounds two and three, and
because there were likely differing levels of knedde amongst respondents with regards to
the statistical analysis, a brief description ofivthese measures indicate was also included
with the questionnaire. The mean score for rankotéms was also included as this was the
basis on which the ranking analysis of these itemars performed. Respondents’ individual

scores from the previous round were also includetie feedback provided.

Comments made by respondents were not fed baclebatmunds as Duffield (1993)
demonstrated that doing so significantly increagsgonse times for the Delphi. However, in
round three, participants identified as outlier®ge in the lower and upper quartiles from the
previous round) were asked to provide written ficsttion for their views. This allowed

areas of disagreement to be explored in greatehdep

7.3.5 Agreement, Consensus and Stability
The aim of consensus methods is not to force aatits to come to an agreed conclusion,

rather such methods provide a means of explorirgtlrdn agreement exists (Delbestcl,
1975). Data from the expert panel are generallyyaged using two criteria: level of
agreement and level of consensus, and these adetérenined both within each Delphi
round and between rounds (Jones & Hunter, 200(atGrex & Dexter, 2000; Holest al,
2007). The term agreement relates to the groupieagent with the individual Delphi
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statement, whereas consensus measures the degreieliche group agrees with each other
(Jones, 2002).

The criteria used to both define and determineeagest and consensus in a Delphi are
subject to interpretation (Hsu & Sandford, 2007aking the issue of consensus one of the
most contentious components of the Delphi methospe@t al, 1997). A universally agreed
proportion for establishing agreement in a Delgesinot exist with studies recommending
parameters extending from 51% to 100% (Fenlal, 1984; McKenna, 1994a; Sumsion,
1998; Williams & Webb, 1994; Keeney al, 1996; Greert al, 1999; Staggerst al,2002;
Steeleet al,2008; Hemminggt al,2009). Hassoet al (2000) suggest that the level used to
define agreement and consensus depends upon sewtoas including the sample numbers,
the aim of the research and the resources availibneyet al (2006) suggests that the
answer lies with the importance of the researciciaghile Finket al (1984) suggest that,
whatever measure is being used, the important ikittzat it must be defined in advance,
cautioning that the stricter the criteria, the maifécult it is to obtain agreement and

consensus.

Indeed the very concept of group consensus achievedelphi has been the subject of
debate in the literature. It has also been argo&icthe move towards consensus that occurs
in a Delphi reflects a normative rather than infatimnal influence (Murphwt al 1998). It is
suggested that, depending upon the feedback pehvdaelists may be persuaded to
conform rather than express true agreement (Goodh®&7; Murphyet al, 1998). In

addition, Jones (2002) suggests that the mere wefgitessure to move towards the median
response may cause a joint Delphi to converge esvamiddle position. Witkin and
Altschuld (1995) concur suggesting that subtle gressto conform to group ratings is one of
the major drawbacks of the Delphi method. Simil&htcher and Gladstone (1998) argue
that over aggressive consensus seeking may intaalidaults when it is more important to

explore areas of disagreement.

Scheibeet al (1975) suggest measuring the stability of grouipiop as an alternative to
consensus. They suggest that measures which tekardamnly of the percentage of votes
that fall within a prescribed range do not takée &dlvantage of the information available in

the distributions. A measure which takes accounboftions from the norm is one which
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measures not consensus as such, but stabiliteae8pondents’ vote distribution curve over
successive rounds of the Delphi. Schiebal (1975) suggest that because the interest lies in
the opinion of the group rather than that of induals, this method is preferable to one that

would measure the amount of change in each indigduote between rounds.

However, although a critical feature of Delphi,easchers have been inconsistent in both
“what” and “how” stability is measured in practid@ajaniet al (1979:84) define stability as
“the consistency of answers between successivalsooina study”, suggesting that stability
occurs when the answers obtained in two successivels are demonstrated not to be
statistically different from each other, irrespeetof whether or not a convergence of opinion
occurs. They propose the use of the Chi-squarestddr group stability, suggesting that
stability occurred if there was no significant ditftnce between the response category
frequencies for two consecutive Delphi rounds. HaveChaffin and Talley (1980), while
agreeing that the Chi-square is an appropriateofestability, suggest that group stability is
not an indication of individual response stabiliBontrary to Dajanet al (1979), and
Schiebeet al (1975), they advocate that it is individual stapitather than knowledge of
group stability that provides more information absuibsequent rounds of interrogation in a
Delphi. Conversely, Holegt al (2007:73) cautions against the use of Chi-squsuee a
measure of stability as it “determines the indeeaicé of the rounds from their responses
and not the stability of responses between separatels”. Greatorex and Dexter (2000)
advocate the use of graphical representations ahmand standard deviations to examine
stability between Delphi rounds although they sfyetiat this is suitable only when the scale
upon which experts are expressing their opinionleEanonsidered to be an interval scale.
Holeyet al (2007) propose that stability should be demoretiraly a trend of increasing
Kappa values, although again this is based upemvail level data and is applicable only

when there are a number of rounds on which to nmeastrend.

7.3.5.1 Definition of Agreement, Consensus and Stab ility in the
Current Study

Both Murphyet al (1998) and Jones and Hunter (1995) identify twanfoof “agreement”
that should be considered in a Delphi: firstly éx¢éent to which respondents agree with the

issue under consideration (typically rated on aenral or categorical rating scale), and
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secondly the extent to which respondents agreeeiti other, the consensus element
(normally assessed by statistical measures of gesrand dispersion). These two criteria
were applied to the analysis of data from Delphinas two and three in this study.

The level of agreement for each item is expressedjuhe median. Generally in Delphi
studies, the median and the inter quartile rangerare robust than the mean and standard
deviation (Murphyet al, 1998; Hsu & Sandford, 2007), with the median E=ssitive to
extreme scores with small groups (Gatllal, 1996), and an appropriate measure to use when
the data includes extreme scores, skewed distisiand / or are measured on an ordinal
scale (Gravetter & Wallnau, 2008). Because theisedescriptor statements presented to
panelists were worded in both positive and negdéuas both low and high median scored
were significant in terms of the direction of pasisl agreement with each of the statements.
The threshold for agreement with each statementeiaat 80% as adopted by Green at al
(1999), Staggerst al (2002) and Hemmingst al (2009).

The level of consensus in this study is expressdtainterquartile range (IQR). Consistent
with other literature using Delphi and reportinggh particular measures (many studies
report mean and standard deviation) consensusimedes an IQR of 1 on the five point
scale used for the service descriptor statememddison, 2003; Hendrix, 2005; Doughty,
2009), and< 2 for the rank ordering of goals of care and jities for change (Scheils al
(1975) propose that the IQR should be no larger th@ units on a ten unit scale).
Disagreement, i.e. items with > 80% agreement astquanel members, is also explored and
reported.

Stability in this study is defined in accordancéhvajaniet al (1979). Because responses
are measured on ordinal scales, the sample is,sandllthe data are not normally distributed
the use of parametric tests as advocated by Gexaamd Dexter (2000) and Holeyal

(2007) were not considered appropriate in the comtethe study. Instead non-parametric
tests, as advocated by Dajanial (1979) and Chaffin and Talley (1980), were used to

measure response stability.

The Wilcoxon Signed Rank Test is the non-parametternative to the paired samples t-test.

It is designed for use with repeated measuresiasigad of comparing mean scores, the test
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converts these scores to ranks and compares thematl and Time 2 (Howitt & Cramer,
2011). This test was used to establish group resspstability between rounds two and three.
The assessment of response stability was perfopmexdrily as a reliability check as, in an
effort to minimise participant burden, and dueineet constraints, the number of Delphi
rounds was determined a priori. The significaneellgvas set at 0.05, and items wjith

0.05 were considered stable.

7.4 Reflection on the Application of Delphi

Delphi is a consensus method that is particulaalyed for its ability to structure and
organise group communication, and its capacityritogitogether a wide range of expertise
from different backgrounds enabling disagreemest @onstructive forum which ensures
equal participation by all participants. Howevespite widespread application in the fields
of health and social care many questions regartti@@pplication of the Delphi method
continue to intrigue researchers. In general,aisith of Delphi arises from the fact that there
are no standards established in any methodologiaefieptable way, with the method
criticized on the grounds of reliability measurensesnd a lack of scientific validation of the
findings (Sackman, 1975; Reid, 1988; Willaims & Weh994). However it has also been
counter-argued that Delphi’s significant use iroheisg situations where no definitive
evidence is available, and its application in ateasdo not lend themselves to traditional
scientific approaches, may mean that it is not @ypate to use the same validation criteria
as for hard science (Firgt al, 1984). Critcher and Gladstone (1998) proposeahat
philosophical level Delphi is a victim of its hydrepistemological status. They suggest that
while Delphi may provide quantified results wittdmecognisable positivist tradition, the
definition of the problems and their solutions bgge who are the subjects of the research
place it close to constructivist positions. Mull@®03) concurs, suggesting that many of the
relatively recent criticisms of Delphi stem fronetpositivist approach whereas Delphi
studies straddle the divide between qualitative guahtitative methodologies (Stewart,
2001).

Although the method has been criticized for its ynaybrid forms and variations in format it

is perhaps this adaptable and flexible nature whashcontributed to its widespread

implementation by practitioners and researcherspethe methodological criticism,
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Delphi’s effectiveness over comparative method&ast in terms of judgmental accuracy,
has generally been demonstrated, with researctestigg that Delphi allows improved
judgment compared to alternative methods (Rowe &y 1999; 2001). In addition
Delphi’s aggregation method is explicit thus entagdthe rigor of the technique (Murphy at
al, 1998).

Although not without its critics, Delphi appear@die the most appropriate method for this
phase of the study based upon the purpose of tee@nd the research questions to be
addressed. The rationale for choosing Delphi h@sdy been outlined in the introduction,
and the method has been widely used in similarcsd healthcare research for the
identification of clinical and research prioritiasd the validation of practice (Scettal,

2006; Carnest al, 2010; Changt al 2010; Sue Hoyet al, 2010; Jestet al, 2010; MacNeela
et al, 2010, West, 2010; Wilsost al, 2010; Wilson & Moffett, 2010; Zeigler & Decker-
Walters, 2010). The value of Delphi in the contefxthis study was its ability to generate
ideas and insights, those that evoked agreemertarsgnsus and those that did not, from
expert clinicians for whom it would have been ingibke to organise mutually agreeable
times and places for meetings. Additionally the ofsa qualitative technique to draw on
collective expert judgment in a format that allowedsubsequent quantitative analysis of

these data was compatible with the overall mixethows approach used in the study.

The previous section has discussed the criticalifes of a Delphi study and their application
to the current study. The remainder of this chagigrusses the conduct of the study and

presents the findings.

7.5 Data Collection and Materials
This Delphi proceeded in two stages: the firstestagolved the conduction of three

preliminary interviews with expert practitioners iatm are described below. The second stage
involved the use of self-report postal questioresto the thirteen members of the expert
panel. In each round participants were issued thihrelevant questionnaire and a letter
outlining the process to be followed in its comiglet Since this process necessitated the use
of a variety of data collection instruments, thiof@wing section describes the development of

these instruments in the chronological order incvlwere used in the study.
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7.5.1 Preliminary Interviews
In order to accumulate as much cogent and relemformation as possible in advance of

formulating the questionnaires to be administeretthe iterative Delphi rounds, three semi-
structured interviews were conducted with expehsse selection has previously been
described. The interview topic guide centered evésearch questions with the subject
related topic areas identified a priori [Appendix FParticipants were asked to discuss what
they considered to be the goals of care for thpufadion of children and their families, how
well they felt current services meet the needsie$¢ children and their families, and what
changes they felt were required to improve servicgse population. These guiding
questions were supplemented and supported by pscemnpit probes when appropriate to
encourage participants to expand upon an answéag,redirect them back to the main topic
if the focus became lost. Interviews were condiietea time and place convenient for

participants, and were tape recorded.

7.5.2 Round One Questionnaire
Delbecget al (1975) propose that developing the question /lpratstatements is the key to

the Delphi process. They suggest that if resporsdgmnot understand the initial broad
guestion they may answer inappropriately or bectsosrated and loose interest in the
guestionnaire with potentially negative effectstlo@ quality and quantity of responses. Issac
and Michael (1995) describe the function of thstfidbelphi questionnaire as the generation

of items, issues or questions.

In the first round of this Delphi participants re@x a cover letter [Appendix L] and a
guestionnaire containing only open ended quesfidpgendix M]. The use of an open-ended
guestionnaire in round one ensured that all pa#itis were allowed the freedom to bring
their own views to the study. It allowed panelistspecify the key issues to be addressed
rather than compelling them to answer researchegldped questions that they may have
felt were unbalanced, incomplete or irrelevant. bheen (1998) suggests that this is an
important aspect in the context of developing a@@hensive questionnaire as it ensures
representation of all views at the outset. Allowindividuals input from the outset can also
help prevent attrition in subsequent rounds (Keata), 2006). Payne (2004) identified
several advantages to the use of open-ended guestiduding that they are uninfluenced;
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elicit a wide variety of responses; provide backgbfor interpreting the answers to other
guestion; can be used to solicit suggestions, olaiaboration, elicit reasons and evaluate
arguments; and are of value as a preliminary adtafting other questions especially in

preparing questions on an unexplored issue.

The questionnaire was structured around the studgsarch questions. It clearly defined the
terms used in the study and elicited panelists siewthe broad subject areas related to the
focus of the study. Panelists were asked to indi¢Btwhat they considered to be the goals
of care for children with life-limiting neurodevgdmental disabilities and their families, and
to explain how / why they believed each goal tonbpgortant; (2) to describe which goals
they felt are achieved in the context of curremtises and to indicate what they believe is
preventing the achievement of others; and (3) @atifly changes to current services they
considered would improve the care provided topibygulation and the resources that would
be required in order to achieve these changes.tiQned and 3 related specifically to the
first and third research questions. Data from #wed question was used to assist with the
development of the problem statements / serviceriesrs used to address the second

research question.

The questionnaire was reviewed by the three expenviewees for face and content validity
before being distributed to the expert panel.

7.5.3 Delphi Questionnaire for Rounds Two and Three
Previous Delphi studies cite several potential sesifor the identification of items for the

Delphi questionnaire. While Staggetsal (2002) developed their statements directly for the
literature, more commonly researchers have usedbtative approach, including individual
and focus group interviews, and open-ended quewices to develop the items for the
iterative rounds (Scoét al 2006; Jirwe, 2009; Greeat al, 2009; Wilson & Moffat, 2010).
This study used the data returned in the questimmiram Round One, combined with the
expert interview data. This combined data set vgasl @s the basis for developing the
problem statements / service descriptors useceigtiestionnaire for Rounds Two and
Three.
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The second and third round questionnaires weretsted in nature, presenting respondents
with a list of statements and closed ended quesfidppendix U]. The instrument was
structured in three sections related to the thesearch questions to be addressed. In the first
section participants were asked to rank order tdasgpf care that had been identified in
round one (1 = most important), and were giverogyortunity to include textual comments

in support of their position if they desired.

In the second section participants were askeddregbeir agreement with service descriptor
statements using a five point Likert scale withpmesses ranging from 1Strongly Disagree

to 5 —Strongly AgreeThe statements in section two of the questioenaere categorised

into six distinct areas which had been identifiedhie interview data and the responses from
Round One. These included statements related tstrineture and funding of services;
services available to children and their familiad ghe process of their delivery; the
integration and coordination of services; issuésted to the provision of palliative care; ease
of access to services; and working in partnershilp parents. Respondents were again given
the opportunity to comment on individual statememtd invited to include any additional
comments they wanted in free text at the end df eaction.

Section three asked participants to rank, in oodi¢heir potential to improve care, the
service-related changes that they considered west important to improve services to

children with neurodevelopmental disabilities aheiit families (1 = most important change).

7.5.3.1 Piloting the Delphi Questionnaire
Okoli and Pawlowski (2004) suggest that pretestmgiloting, of the instrument is an

important reliability assurance for the Delphi nethBecause of the small panel size expert
members of the Delphi panel were not used to gietdata collection instruments for this
study as this would have further reduced the sizkeoexpert group. Instead the expert
interviewees were asked to pilot the questionnaeschanges were made to the instrument

following the pilot stage. The pilot questionnaivesre not used in the data analysis.
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7.6 Data Analysis

The following section discusses the analysis oh déitained in the Delphi. Because of the
multiple stages in the procedure, and the colleadidboth qualitative and quantitative data,

the analysis of data is described separately amaesgially below.

7.6.1 Analysis of Interview Data
The three preliminary interviews were transcribedbatim into a Microsoft © Word

document and analysed using a simple content asalygien (2008:120) describes
qualitative content analysis as “an analytic metbbieducing and making sense of data”.
The purpose of data analysis in this case wasdorera comprehensive and representative
range of views that could be included in the degwalent of the questionnaire for the iterative
rounds of the Delphi. In this respect the intervidata were not expected to stand alone as an
in-depth analysis and discussion of the issuesidtér to augment the findings from the
open-ended questionnaire used in round one andestigiinclusion of all relevant issues.
Consequently a surface rather than deep-level sisady interview transcripts was

conducted.

The first stage of analysis involved familiarizatiwith the data corpus. All interviews
transcripts were repeatedly read so that the dvanesdth, depth and content were familiar.
The second stage involved the analysis of indivithtarview transcripts. Each transcript
was analysed line by line with the extraction of telated to each of the three topic areas
(Goals of Care, Service Related Issues, and Re®ifibr Service Improvements). Extracted
text was then pasted into separate documents ahddeaument was examined individually.

An example of this analysis is presented in Appeii

The “Goals of Care” and “Priorities for Service @ba” described by interviewees were
listed and counted. The majority of interview degkated to interviewees’ perceptions and
experiences of the general structure and functgpafrservices. Several separate aspects of
services were evident in the data when coded, thekeded issues related to the structure
and funding of current services; the process avéel and the services available to families;
integration of services; ease of access to servicestation of services towards parents; and

issues related to palliative care for the popuratio
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Text related to each of these aspects of serviees extracted and condensed into service
descriptors (i.e. a statement related to some aspservice provision). These service
descriptors were presented as statements to parielRound Two with panelists asked to
indicate their level of agreement with each serdescriptor statement on a five-point Likert

scale.

The process of identification of goals of careyser descriptors, and priorities for service

changes is discussed further in the findings sedfdhis chapter.

7.6.2 Analysis of Round One Questionnaire
Payne (2004) suggests that the major difficultyhvapen-ended survey questions relates to

the coding and quantification of answers, while @hall (2004) cautions that the freedom of
response that open-ended questions permits respisrzin lead to ambiguity rather than
clarity. Hassoret al (2000) propose that data returned in the firshdoguestionnaire can be
analysed using simple content analysis. Subsequthietlsimple content analysis procedure
used to analyse interview transcripts was repeatedised to summarise the panels’
responses to the open-ended questions from RouadT®e purpose of this round was to
generate as many perspectives on the focus argassible, and to categorise responses in a

manner that could be quantitatively analysed.

For Question 1, which related to the identificatafrgoals of care for children with life-
limiting neurodevelopmental disabilities and thamilies, this involved arranging all
responses in a single list. The list was carefidiyewed for overlap and duplicate content,
and then combined with the interview data relatethé same area. Following the
elimination of redundant items (i.e. exact dupksatthe identified goals were subsequently
listed in the second round questionnaire whereoregnts were asked to rank the goals in
order of their importance. Where possible the exaxtling provided by the panelists in
Round One was used, but in the case of ambiguommubiiple responses related to the same
goal the clearest and most succinct statement elasted for inclusion in the second round

guestionnaire.
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Question 2 asked respondents to identify which,vamgl goals identified were not achieved
in the context of current services. This dataamdem with the corresponding interview data,
formed the basis of the service descriptor statésrfenthe second and third round
guestionnaires. Again the text was carefully reaévior overlap and duplicate content
removed. This textual data was then combined Wwighriterview data and the procedure
repeated. Descriptor statements were extracted theraombined data sets, and were
developed to represent the concepts containeciddta rather than an exact replication of
the panelists wording. Examples of the procedueel tis develop service descriptor

statements are presented in Figure 7.3.

Figure 7.3Combining Data Sets to Develop Statements fortiterd&rounds

Interview Data Response from Round 1

And | think like we know the parents deliver the | Doctors are very slow to take on board parents’
care, we know the parents know most about the | experiences of how the child is. | feel parents are
care... but | don’t think we include them not listened to enough..... and we all know parents
sometimes... in discussion around care....and | ddknow their child best..... They live with their
think that would be a great benefit for families. symptoms 24 hours a day....

Service Descriptor Statement Extracted

Parents are considered equal partners in the seftand prioritising of goals for their child’s care.

Interview Data Response from Round 1
I mean | do know here at times | would look for | Parents often have to deal with numerous agencigs,
medical teams to meet together with the i.e. the hospital, acute setting, disability seegic

family...em so that.... so that they know eh, that| respite provider plus HSE disability service. Thesg
they do have a sense that everybody is looking &t children are very complex and have many needs.
the greater child’s needs rather than em the Would benefit from improved multi-agency working
individual or the individual sort of symptom or to address needs.
problem ....but it is difficult....

Service Descriptor Statement Extracted

It is difficult to get a holistic view of the child needs because of the number of different health
professionals and services involved in the childare.

Interview Data Response from Round 1

a key worker can be a huge benefit... you know | Caring for a child with a life-limiting conditionam
somebody that can grab all of the different po&#ntibe hugely stressful for parents, a family-support
teams out there.... or services out there.... get theworker / nurse becoming involved in the child’s
together and say “right look what can we all d¢s lehome is essential to assist the family.
co-ordinate a care plan around this child.... it car
work very well....

Service Descriptor Statement Extracted

The lack of a key worker for families results inéhad hoc delivery of services to this population
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Analysis of Question 3, the proposed changes tocg= that would improve care for this
population, was analysed in the same way as Quektidhe service-related changes that
were identified were listed in the second roundstjpanaire where respondents were asked
to rank order the proposed changes in terms af poééntial to improve care for the
population. Again, where possible, the exact waydgirovided by the panelists in Round One

was used.

7.6.3 Analysis of Round Two and Three Questionnaire s
Quantitative data from Delphi rounds two and theeee analysed using SPSS® version 17.

In this study measures of agreement and disagrdearenepresented by the median score,
with a threshold set at 80% for service descrifigons. Consensus is represented by the
interquartile range [IQR]. The justification foring these particular measures has already
been provided. In addition, mean scores were akmlated for “goals of care” and
“priorities for service-related changes” in ordeattthese items could be ranked in order of

the priority awarded to them by the panel as adeathy Wieneet al (2009).

7.6.3.1 Consistency of Questionnaire between Rounds Two and Three
Opinion on the consistency of Delphi questionndé&ms from round to round is variable.

Critcher and Gladstone (1998), Grestral (1999), and Wilson and Moffat (2010) reported
eliminating infrequently occurring or low scoringiins from round one of the study in order
to keep the resulting list more manageable. Entlatal (1999), Staggerst al (2002),

Steeleet al (2008) and Jirwet al (2009) removed questions on which consensus hexd be
reached in Round Two from subsequent Delphi rouddsvever Hassort al (2000) and

Hsu and Sandford (2007) caution against such d@essuggesting that all items are included
in each round as their removal goes against the teasets of the Delphi technique. Similarly

Hemmingset al (2009) included all items in each round of a thhaend Delphi.

This study included all items in all Delphi rounds;luding those on which agreement and
consensus had been reached in Round Two. The réashis was twofold: firstly it ensured
that comprehensive feedback on all items was peavitd the expert panel; secondly,

because the number of iterations for the studydeasled in advance, including all items in
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Round Three was necessary in order to assess sesptability. This was important in the
context of ensuring that a fourth Delphi round vebabt have resulted in significantly
different findings.

7.6.3.2 Management of Non-Responses and Missing Dat a
The literature proposes several strategies designe@dximise response rates and minimise

attrition all of which were employed in this studyhese included deciding in advance the
number of Delphi round to be conducted in ordet plzenelists would know exactly what
time commitment was involved (Walker & Selfe, 19@6tcher & Gladstone, 1998; Keeney
et al 2001); where possible personally approachingviddals to invite participation before
commencing the study (McKenna, 1994a; 1994b; Ver@609); and providing the panel
with sufficient information before commencing thedy (McKenna, 1994a; Hassehal,
2000). The layout of the questionnaire and clasftyuestions were piloted in advance of
distribution to the panel members (Hatton & NuneelE995). All questionnaires included a
defined date for completion, with a reminder lefiested to each panelist who did not return

a completed questionnaire by the specified datedch round (Salmond, 1994).

The management of non-responders is also variatitesiliterature. While some authors
provide no discussion of this issue (Saittl 2006; Wilson & Moffat, 2010), others have
handled it in opposing manners. Butterworth andh&ps(1995), Staggert al (2002) and
Steeleet al (2008) included only those who returned complefeelstionnaires in subsequent
Delphi rounds. Conversely Endacettal (1999) and Wiernegt al (2009) included non-

responders from previous rounds.

This study adopted the strategy described by Entlacal (1999) and Wierneet al (2009).

All members of the expert panel were included IDalphi rounds regardless of whether
they had returned a completed questionnaire iptéeious one. This decision was a
pragmatic rather than philosophical one. The expanel was small to begin with; excluding
non-responders from subsequent rounds would hawd#ted in a significant reduction in
panel numbers which would have severely limitedvwhlédity of the study. In addition, on
both occasions where the cause of non-respondeeleasinvestigated in previous studies,

this was found to be associated with pressuresodt YButterworth & Bishop, 1995;
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Zollingen & Klaassen, 2003). It was considered puaito exclude busy clinicians from the
panel on the basis that they did not have the tooe®@mplete one round of a three round
guestionnaire. Subsequently all missing data (etm-ned questionnaires and returned

guestionnaires with missing values) were enterexl$®SS as missing data.

7.7 Findings

The following section presents the findings of thdphi. The findings from the preliminary
rounds (Interviews and Round One) will be discusssgghrately as these were distinct and
separate data collection instruments. Howeveheis purpose was not to stand alone as
independent findings these preliminary findingd Wwé discussed only briefly. The primary
focus of the section will be on the findings fromauRd Three of the Delphi as this represents
the final opinion of the expert panel, and the desthat occurred between the second and
third rounds. Consequently rounds two and threkbeildiscussed together so that
comparisons can be made. The section begins wdibcassion of the interview findings as

this was a separate group to the main expert panel.

7.7.1 Interview Findings
The goals of care for children and their familiésritified from the interview data related to

three distinct areas: symptom control and qualityfe, the provision of appropriate support
to parents, and the provision of a seamless wehrefto the child and family. Both symptom
control and quality of life, and the provision gipaopriate support to parents were all cited
as important goals of care by all interviewees |evtiie provision of a seamless web of care
arose in one interview. Examples from the intervieamscripts and corresponding goals of

care are presented in Figure 7.4.
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Figure 7.4Interview Excerpts and Corresponding Goals of Care

Interview Excerpt Goal of Care
| suppose | am naturally biased towards symptomagament and
symptom control....... and | think for a lot of thedgldren that’s

really important [Int 01]
Optimising quality of life for the
“I suppose they really from my opinion they woulel &ptimising the | child

quality of life of that child..... | suppose you cdubok at in terms of
their physical needs, their spiritual needs ofdhiéd and family, the
psychosocial needs. They are the primary goalsyimpinion” [Int
03].

“your goal is providing maximum comfort for the hi. and support
is one of the biggest goals | would think... for tréld and the
family”...[Int 02] Providing support for parents

“you have to respond to families needs so...... em...kmw if you
have a parent in distress you have to respondatalibtress” [Int 01]

“and its hospital care and community care and hoane you know...
and you're trying to coordinate all that seamlesslyou know so that Achieving a seamless web of care
it works smoothly....is nearly is what you are tryiogdo...[Int 03]

The goals of symptom control and quality of lifereidinked in the interview data, for
example
“I think that one of the biggest things in setting gaxdlsare is that we always provide the
family with a hope that things may get better....that we capmébp of symptoms, or that
the child is going to live a good life....” [Int. 02]
Providing “support” to the family was cited by aiterviewees as an important goal of care.
Although this support took different forms (infortitamal support, psychosocial support,
providing hope and encouragement) it served a stamgifunction which was to make life
“easier” or “simpler” for the family. Achieving aamless web of care was considered
important by one interviewee. This concept related smooth integration of all the services
involved in the care of the child whether theseen@spital, community, or home based. All
three of these goals were reiterated in the opéeaquestions of the first Delphi round, and

were carried forward and listed to be ranked byepsts in Round Two.

The majority of interview data related to interviesss’ experiences of the general structure
and functioning of services. Six aspects of cursemvices were identified upon repeated re-
reading of the interview transcripts. These inctidbe structure and funding of services; the
services available to the population and the mamehich they are delivered; the
integration of services; access to services; sesvielationship with parents; and issues

associated with the provision of palliative care.
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In some areas specific issues associated with aodteommunity services were separately
identified, while in others there was a global fe@u relation to coordination, integration and
collaboration of services generally. Issues relédetie structure and funding of services
were identified in two interviews. This relatedthe geographical inequality of community
based services whereby the availability or lack eérvice depended not upon the level of
need of the child, but upon where the family wasdent. Inconsistent financial resources
were also identified as a cause of the unequaillision and allocation of services, even

within the same geographical area.

In relation to the services available to the popaorteall interviewees identified inadequate
provision of psychological support to parents asagor problem. Interviewees proposed that
families experienced considerable levels of psyobias need, in some instances equaling the
physical needs of the child. Psychological streas identified as an ongoing problem for
parents, but one which could be easily overlookecurrent services
“There needs to be acknowledgement by medical people that parentderasimuch
psychological trauma as they are physical with their child’s caaad .| suppose personally |
would feel at times meeting the psychosocial needs of fansliestiemely difficult and not

always possible”.... [Int. 01]

The orientation of the services also arose as itapbfeatures in the interviews. All
interviewees stressed that care of a young chilld aviife-limiting neurodevelopmental
disability should be orientated towards the fara#ya unit, i.e. should be family focused. It
was considered critical that the child should kenga the context of the family, which one
respondent described as “child orientated, butljafocused”. [Int. 01]

One community-based interviewee identified a cohbetween the medical model of care
(relevant to the child’s physical needs), and thead model of care (prevailing model in
disability services), expressing the opinion tleapecially as children get older, this can

cause a significant problem in terms of attendothe complex medical needs of the child.
Integration and coordination of services arosenasngortant issue for all interviewees. All

expressed the opinion that services are poorlgiated, both at the level of the different

health-professionals involved in the care of thiéd¢cland more generally at the level of the
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multiple services involved in the care of the chifderviewees attributed this to poor

communication between health-professionals, amqbte communication between services,

and the lack of available key-workers
“certainly from my experience in the hospitals | have worked i’ revnot very good as
professionals working sort of interdisciplinary wise...avimg effective communication...its
very much nurses doing their nursing bit, the doctonsgltiie doctor bit, the physios do their
bit, or one specialty looks after that part of the child, laerospecialty concerns themselves
with neurological issues...and were not effectively communicatingnd if we can’t
effectively communicate amongst ourselves, it is very diffimrlts to be able to effectively

communicate with a child and family” [Int. 02]

Services relationship with parents also arose asitant features in the interviews. All
interviewees proposed that parents were the exipettte care of their particular child.
Parental expertise was considered important thidiistic care of the child in that it provided
a picture of the whole child rather that the spedifdividual problems experienced. Despite
this it was considered that services often exchatents from decision making and goal

setting for the child.

Issues associated with the delivery of palliatimeecarose in two interviews. Both of these
interviewees were involved in the care of younddren with life-limiting
neurodevelopmental disabilities in the contextadital based services. It did not arise as a
feature in the third interview conducted with a coamity based health-professional. Both
interviewees suggested that a palliative care agbrto children with life-limiting
neurodevelopmental disabilities and their famiigegnportant, although it was emphasised
that specialist palliative care is not requiredatiyof the children in this population.
Interviewees stressed that the important featuspetialist palliative care was that if should

be available and easily accessible if, and whas,rgquired.

Statements related to each of these areas wesedrfrom the transcripts and resulted in
the development of 22 service descriptor statenfenfRound Two.

Seven changes to services were identified thatdvogprove care to these children and their

families. The following categories were apparerthim data: changes required to improve
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acute and community services; improved overall dm@ation of primary and tertiary

services; the need for a parent held record; amddled for a key worker for every family.

The proposed changes indentified by intervieweedssapporting interview excerpts from

interview transcripts are presented in Table 7.5.

Figure 7.5Interview Excerpts and Corresponding Proposed Cleartg Improve Services

Interview Excerpt

Proposed Improvement to
Service

“if you list the number of people involved with oservice in all there
could be 7 or 8 different professionals, then &ttbhild is attached to
the hospital, then there is the various consultamtd bearing in mind
they could be attending 4 different consultant apipeents that are
not necessarily in communication with each other{Int. 01]

A greater level of communication
between the different health
professionals involved in the care
of the child.

“and one in particular that | have been in conteith recently had
nearly co-opted me as a key worker....in terms ofvogking...in
terms of “this is what | need at the moment”... thély say to you “I
cannot face making this call, because there anedofive things that |
need, and I'm not going to be able to cope with faufive different
things at the moment”...so | really feel they lacgade you
know...it's very overwhelming for them... plus the amoof
professionals coming and going”....[Int. 02]

A key worker available to every
family.

“I think we should have better hand held notes..eammost parents
have notes that they have made up themselves...\ahécfantastic,
but I think if we were to medicalised them a bitrao.so that you
know regardless of what service your are, you kitteat this family is
going to have a passport, or whatever you wanélidtc..and you
know that on the 3rd. page is going to be theirinsbn you
know....and on the 4th. part of the folder is goiodpé their last
medical letter”....[Int. 01]

Parent held medical records.

“because quite often the acute setting doesn’t kwbat the primary
care setting is doing...so there needs to be a bi¢ wiba structured
approach....more coordinating the services”... [In{. 03

Improved liaison between acute
services and other services
involved in the care of the child.

“So it would be access to service when they needhitit they may
not need special palliative care all of the timat, Wwhen they do need
it and for the period of time that they need ittttheey can have acces
to that service where it is suitable to them”... [idt]

5 care in a timely and efficient

Access to specialist palliative

manner

“if you could grab all of the different potentiaams and services oulf
there... get them together and say “right, look wdzat we all
do...let's coordinate one care plan around the chittat could work
very well”... [Int. 03]

A single care plan that is used
across all services.

“there are still families being discharged homehwaiit any services
set up for them...where in fact there are very gamdises in the
community....but maybe because the nurse at theviasa’'t aware of
something...so | think a review of the services e ¢bommunity so
that there is nearly a directory of knowing whevisere, what they

provide and what their admission criteria are...[08]

A national directory of services
available to children and their
families.

Acute services changes were primarily focused pe@ts of greater coordination of clinics

and appointments to reduce the burden of travéarilies, and awarding “priority” status to
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these children in clinics and accident emergenpadenents. Community service changes
proposed related to the establishment of smalligfigacommunity based teafsvho

would attend to the needs of the child and farmlyhie community setting. All interviewees
identified the requirement to improve the overalbination of primary and tertiary
services. It was suggested that the establishniententral coordinator would ensure that
services were appropriate to the changing needadf individual family, and also ensure

that resources were equitably and fairly distridusenongst the population who need them.

The need for a parent-held record was also ideditifiy all interviewees. It was proposed that
this had the potential to improve care in a vargdtways. These included improving
communication between health professionals; impmgeommunication between services;
providing valuable knowledge about the child agespn; and alleviating the burden of
repetition of information on parents. All intervieas additionally emphasised the
requirement for a designated key-worker for evamify, and considered a key-workers
potential for improving care to families was immenshis included reducing the burden for
parents by making it easier to access what the de&ds, facilitating access to acute services
when appropriate, coordinating all of the serviaed agencies involved in the child’s care,
alleviating parents worries and fears and providirsgnse of support for parents. All seven
proposed changes to improve services were caomhfd to be ranked by respondents in
Round two of the study.

The remainder of this section will focus on thedteve rounds of the Delphi and the opinion
of panel of experts.

7.7.2 Expert Panel Response Rates
Response rates for individual Delphi rounds wergabte ranging from 69% to 100% [Table

7.1] with 46% of panelists (n = 6) completed atkta rounds.

1 This was specified as a “core” specialist teare &stablishment of specialist paediatric palliatiaee
teams was not identified as a priority in the intews.
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Table 7.1Response Rates for Individual Delphi Rounds

Delphi Round No. of Respondents % Response Rate
Round 1 9 69%
Round 2 13 100%
Round 3 12 92%

n for each round = 13

Although the response rate for round one was 69#meation of non-responders indicated
that they were spread amongst all the subgroups.€liminated the potential for bias that
may have occurred with more systematic non-respomhkeés, in association with the fact that
there was a large amount of data gathered in thktafive interviews, ensured that there was
sufficient expertise amongst the sample to allosvstudy to proceed with the development

of the structured questionnaire for rounds two tunee.

7.7.3 Findings from Delphi Round One
Nine individuals (69%) returned completed questaires for round one. This was the lowest

response rate for any of the rounds in this Delpbssibly as, according to Bourque and
Fielder (1995), respondents are generally reluctaahswer open-ended questions in a self-

administered questionnaire.

The expert panel returned 13 goals of care for gamldren with life-limiting
neurodevelopmental disabilities and their familiethis round. Three of these had already
been identified by interviewees. Although the issaesymptom control and quality of life
had been linked by the interviewees this was nottse in the open-ended questions where
these were listed as separate goals by most respt@&ubsequently they were returned
separately to respondents to rank order in Rounal Thihe goals of care identified in this

round, and the frequency of their occurrence agsguted in Table 7.2.
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Table 7.2Goals of Care Identified in Round One and Frequesfa@ccurrence

Goal No. of Times Identified
The child is cared for at home 4
Achievement of the best possible quality of life fiee child 6
Provision of appropriate respite 4
Achievement of the child’s full potential withingHimits of the illness 4

Inappropriate medical interventions are minimised

The family continues to function as a unit and gife

Promotion of normality as much as possible fordhiéd and family

Open and honest communication with the family

Optimum management of symptoms

Parents are supported with the provision of care

The family is provided with the hope that thingdl get better

2

1

3

1

The child’s life is prolonged 1
5

9

1

4

Achievement of a seamless web of care

The issues identified by interviewees in relatiorsérvice provision to this population of
children and their families were reiterated by expert panel in the first Delphi round.
Therefore the original coding frame and twenty-seovice descriptor statements developed
from the interview data remained valid. Howevereotissues were identified by panelists
that had not been identified in the interviews. S¢hevere related to the issues of in-home
support and respite; a more expansive conceptliditpse care; a lack of expertise amongst
some health-professionals; and a heavy reliance aparity services to meet the needs of

the population.

Some panelists indicated that they considered Horhe the ideal place of care
Home is the best place to care for all childregardless of disability. All children have a right t

be cared for at home [05]
In-home support was considered was consideredtui@bntinued caring as

Parental exhaustion and burnout is common whereetsupport is inadequate [07]
Despite this many reported that there was insefficin-nome support for families caring for
young children with life-limited neurodevelopmendsability, particularly in relation to

end-of-life care.

Some panellists specified additional resourceswea¢ required for in-home support, for
example home-help, additional nursing hours, acgsgto essential equipment. Others
emphasised the critical role played by respite wiaeilitating families to continue to care
for their child at home. Respite could be providedr out of the home, but panellists’

perception was that current respite facilitiesiasafficient to meet the needs of parents.
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Although issues of access and availability of péille care services arose in the interviews a
more expansive concept of palliative care arogmirelists’ open-ended responses in Round
One. This related more to the overall approactate ér young children with life-limiting
neurodevelopmental disabilities and their famitigher than access to a specific service.
Panellists proposed that care for these childrboukl not be over medicalised” [07], and
opined that currently “many children undergo futiigestigations and procedures” [04].
There was the perception that sometimes over agjgeesianagement of the child’s
condition could result in unnecessary sufferingnédésts associated this with a lack of
meaningful communication between the health-pradesds involved in the child’s care and

the child’s parents
Sometimes there is a failure to discuss “life-lemnit honestly with parents — so medical staff

continue to adopt a very active management apprieitte detriment of the child [05]

Panellists also reported a perceived lack of edutain the part of some health-
professionals. While it was considered that allthgarofessionals caring for young children
with life-limiting neurodevelopmental disabiliti@nd their families should have specific
education and training to meet their needs, GeReddtitioners were specified as a
particular group in need of additional educatiortipalarly in the context that “G.Ps are not

paediatricians” [05]

The final issue to arise in open-ended responsesliti not feature in the interview
transcripts was the perception that currently tieeeheavy reliance upon charity services to
meet the needs of the population. Analysis of éx¢ual responses from Round One resulted
in the addition of 12 new items to the list of seevdescriptors. This brought the final
number of statements on which panelists were askeghk their agreement in Round Two

to thirty-four.

Eighteen separate service-related changes wergfieiérfrom textual responses in Round
One (including the eight already identified by miewees). All eighteen were carried
forward to Round Two to be ranked in order of tipatential to improve services to this
population of children and their families. The jposed service related changes, and the

frequency of their occurrence, are presented ineTal3.
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Table 7.3Proposed Changes to Services and the Frequentyof@ccurrence

Change Required to Current Services Times
Identified
A greater level of communication between the ddfeérhealth professionals involved in the 1
care of the child
A key worker available to every family 3
A single care plan that is used across all services 1
A greater level of coordination and integratioratifservices involved in the care of the child 1
A single point of contact for information for fane$ 1
Less beurecracy surrounding the family’s entitleteen 1
Access to specialist palliative care in a timely &fficient manner 1
Parent held medical records 1
A national directory of the services available lhildren and their families 1
Improved education of community based health psidesls 4
A specialist paediatric palliative care consult@néct as a resource when required 2
A formal coordinator of services for children witfe-limiting disabilities in every HSE area| 1
Affording children “medical priority” status in Emgency and Outpatient departments 2
Development of community based paediatric palleatiare teams 4
Improved respite facilities 3
Less protracted ordering system for essential eqeip 2
Improved liaison between hospital services andrathevice providers 3
National standards of care and services 1
n=9

7.7.4 Findings from Delphi Rounds Two and Three

The previous sections described the findings frioenqualitative analysis of the expert
interviews, and the findings from Rounds One ofBte#phi questionnaire. However the
principal focus in a Delphi study is on the agreetner lack of agreement, achieved in the

final Delphi round and the stability of responsén@en rounds.

This section presents the findings from Delphi Risuiiwo and Three. The principal focus
will be on the findings from the final round, arieétchanges that occurred between the
rounds. Each of the topic areas that the Delphedito investigate will be presented
separately. The section begins with the findindgtee to establishing the goals of care for
young children with neurodevelopmental disabiligesl their families. This is followed by
experts’ opinions on the current services availéblkhis population of children and their
families and the process of service delivery. Fjnekpert opinion on the proposed changes
that would improve services to this population loifdren and their families are presented. In
order to facilitate a comparison of the changesdhaurred between rounds the results of
rank ordered items (goals of care and proposedgesaio services) are each presented in a

single table for rounds Two and Three.
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Thirteen completed questionnaires (100%) were metliin the second Delphi round and 12
in the final round (92%).

7.7.4.1 Goals of Care
In Round Two the panel agreed that achieving obtst possible quality of life for the child

was the most important goal of care as indicatethbyowest mean score and achievement
of consensus amongst the panel (IQR = 1) [Table The child is cared for at home” was
awarded second priority, although the IQR =4 indiddess agreement amongst the expert
panel with regards to the priority awarded to toal. The lowest priority was awarded to
“the child’s life is prolonged” and “the family grovided with the hope that things will get
better”. This position is consistent with a pallratapproach to the care of the child and
family. Both of these goals also achieved conse(iQR < 2) indicating agreement amongst
the panel that these were the least important ga#tisregards to this population of children

and their families.

There was relatively little change to the rank om@gsigned to the priority awarded to goals
of care between rounds two and three [Table 7i9¢ goals retained their priority status
from round to round, while and additional sevenlgoaoved up or down one ranking place
in Round Three. The priority status of the goal €Tdhild is cared for at home” demonstrated
the greatest shift between rounds falling from sdgalace in Round Two to fifth place in
Round Three However, Wilcoxon Signed Rank Test destnated that, despite the change in
priority status, there was no significant differenic the mean scores for this goal between
rounds Two and Thre&\(= .00, p = 1.00).
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Table 7.4Respondents Rank Order of Goals of Care in Rour&S8 2

oal Rog”d R2 R2 R2 | Rog”d R3 | R3 RS | W .
Priority Mean Median | IQR Priority Mean | Median | IQR

The child is cared for at home 2 415 400 | 400/ 13 5 408 300 250 12 00 1.0
Achievement of the best possible 1 1.92 1.00 | 1.00 | 13 1 117| 1.00| 000 | 12 | -1.34 18
quality of life for the child
Provision of appropriate respite 8 6.62 7.00 5.00/ 13 8 725 750 350 12 .45 6
Achievement of the child’s full potentigl 5.15 500 | 600 13 3 3.9 350 3.00 12  -1.60 1
within the limits of the illness
Inappropriate medical interventions arg 4 8.00 8.00 450 13 10 858  9.5( 300 12 1.2 2
minimised
The family continues to functionasa | g 6.85 500 | 500 13 9 775 850 375 12 -2.03 0
unit and enjoy life
Promotion of normality for the child 6 6.08 5.00 6.00 13 7 683 604 375 1P -1.07 2
and family
g‘r’filr)‘/ & honest communication with the 4.38 400 | 250/ 13 2 375 304 175 | 12 | -1.60 11
The child's life is prolonged 12 1154 | 12.00| 1.00 | 13 12 | 1159 1200 075 | 12 00 1.00
Optimum symptom management 5 5.69 500 | 550 13 4 400 404 200 | 12 | -1.86 06
Efaég?és are supported with the provision 6.54 600 | 250 13 6 675 704 275 12  -134 1
The family is provided with the hope | 4 1169 | 13.00| 1.00 | 13 13 | 11.83 13.00 1.00 | 12 | -1.34 18
that things will get better
Achievement of a seamless web of C‘“‘re 10 754 | 7.00 | 250 13 11| 86y 900 375 12 -160 1
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Despite there being some changes in order, thénhfgleest ranking goals from Round Two
retained their top five ranking in Round Three hitliree of these achieved consensus in
round three. These included: “achievement of trst pessible quality of life for the child”,
which retained it's number one priority betweennds; “open and honest communication
with the family”, which increased from third prityiin Round Two to second priority in
Round Three; and “optimum symptom management”, whicreased from fifth priority in
Round Two to fourth priority in Round Three.

Two of the top five goals of care identified by #wpert panel failed to reach consensus in
the final round. Although ranked as the third hfh@riority goal “achievement of the child’s
full potential within the limits of the illness” dinot achieve consensus amongst the panel
(IQR = 3). Three panelists provided textual comragnin respect of this goal. For two
panelists the goal was synonymous with accesspmppate education and was inextricably

linked with the issue of overall quality-of-liferfehe child
“Again this is a quality of life issue. Communitgrgices can be under resourced and unable to

provide pre-schooling / schooling to children witlere complex needs” [ID. 02],
the third panellist offered a different perspectprposing instead that a focus on this goal

accrued benefits for the family rather than theviiaidial child, suggesting that
“it is very important to always give the family ropnd an achievable time focused goal to work
on. Although the child may have a life limiting abtion the family always want a developmental
goal to work towards as it helps them to focus laane a meaningful purpose to the child’'s care”
[ID.10].

Similarly although identified as the fifth rankedad, “the child is cared for at home” did not
achieve consensus in the third round (IQR = 3.5pld& ation of the textual commentaries
provided by panelists suggests that while in mases this is an important goal, in others it
is neither desirable nor achievable. One panedistroented

“I have had a number of families who did not wikk thild to be cared for at home, so while this

is true in many cases it is not always so” [ID.,06]
The two lowest ranking goals, “the child’s lifegeolonged” and “the family is provided with

the hope that things will get better”, retainedtipgsition between rounds two and three.

Both achieved consensus in the third round suggeatireement amongst the panel that
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these were not priority goals in the care of yoahigdren with life-limiting

neurodevelopmental disabilities and their families.

The IQR for eleven of the thirteen goals of careeneduced between rounds two and three
demonstrating a move towards consensus betweenuhds. This did not hold true however
for two goals, namely “parents are supported withgrovision of care” and “achievement of
a seamless web of care” which demonstrated a smeadlase in IRQ of .25 and 1.25

respectively between rounds.

Wilcoxon'’s Signed Rank Test indicated stabilityre$ponses between rounds two and three
for twelve of the thirteen goals with< 0.05 set as the significance level [Table 7.4 Th
only goal not to achieve response stability was fdmily continues to function as a unit and
enjoy life” (W= -2.03,p = .04).

7.7.4.2 Expert Opinion on Current Services
This section presented the findings related tcettpert panel’s agreement with the service

descriptor statements. It is presented accordiige@oding framework categories

previously described, which include: the structame funding of services; services available
and the process of delivery; service integratioth @ordination; access to services; services’
relationship with parents; and issues associatddthwe provision of palliative care.
Responses to the service descriptor statemenfsesented in Tables 7.5 to 7.10. Consensus
(IQR < 1) was reached on 15 service descriptor statenme®sund Two (44%), and on an
additional eight service descriptor statementsanri®’l Three, bringing the total number of

statements on which consensus was reached inuthe tst twenty two (65%).

7.7.4.2.1 The Structure and Funding of Services
Group agreement, and consensus, was achieved statelinents related to the structure and

funding of current services to young children wité-limiting neurodevelopmental
disabilities and their families. The expert opinmirthis Delphi panel was that current
services are insufficiently funded and under-resedito meet the needs of this population of

children and their families, which results in treeed to ration services to the population. The
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panel agreed that current services are geographicatjuitable, with a heavy reliance upon
charity services to meet the needs of these childnel their families. Wilcoxon’s Signed
Rank Test indicated stability of responses betweands for all items [Table 7.5].

Table 7.5The Structure and Funding of Services

R2 R2 R2 n R3 R3 R3 n Agreement W p
Mean | Median | IQR Mean | Median | IQR
Children with life-limiting neurodevelopmental diskties and their families are well served by ant
services

200 | 200 [ 075 ] 12 | 200] 200] 0.00 | 12| 83%disagree -1.00 .32

There is a heavy reliance upon charity serviceadet the needs of this population

467 | 500 | 1.00 | 12 | 458 | 500 | 1.00 | 12 | 100% agree| 0.00 | 1.00
The services available to the child in the commuait dependent upon where the child lives.

446 | 500 | 1.00 | 13 | 450 | 500 | 1.00 | 12 | 92% agree | -1.00 | .32

Health services are under-resourced with respebietservices required for these children and their
families

469 | 500 | 050 | 13 | 492 | 5.00 | 0.00 | 12 | 100% agree | -1.00 | .32

Insufficient funding results in the need to ratgervices to these children and their families

415 | 4.00 | 150 | 13 | 4.42 | 4.00 | 1.00 | 12 | 100% agree| -1.63 | .10

Shaded statements indicate agreement & consensieved in Round Three
Scale: 1 = strongly disagree — 5 = strongly agree

7.7.4.2.2 Services Available and the Process of Delivery

Of the ten service descriptors related to the abdity and delivery of services to young
children with life-limiting neurodevelopmental diskties and their families, expert
agreement was reached on six statements, and googpnsus on eight statements [Table
7.6]. Wilcoxon’s Signed Rank Test indicated st&pitif responses between rounds two and

three for all items.

The expert panel agreed on specific deficits imenirservices provided to this group of
children and their families. These included: a latkey workers, insufficient respite
services, and the provision of insufficient psydgital support to both the parents and
siblings of children with life-limiting neurodevegdmental disabilities. Home care was also
agreed to be problematic, with the panel agrediagahildren and families suffer because of

long delays in obtaining necessary equipment, @éabdeeing that there is good home
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support for end-of-life care. Four statements ditireach the threshold for agreement set in

the study.

Table 7.6Services Available and the Process of Delivery

R2 R2 R2 n R3 R3 R3 n Agreement W p
Mean | Median | IQR Mean | Median | IQR

A lack of key-workers for families results in thé boc delivery of services to this population

383 | 400 | 075 | 12 | 4.08 | 400 | 0.00 | 12 | 92%agree | 0.00 | 1.00

There is sufficient psychological support availatolgoarents of children with life-limiting
neurodevelopmental disabilities

1.75 | 150 | 100 | 12 | 150 | 150 | 1.00 | 12 | 100% disagree| -1.00 | .32

Current respite services are sufficient to meenteds of families

208 | 2.00 [ 1.00 | 12 | 2.08 | 2.00 | 1.00 | 12 | 83% disagree| 0.00 | 1.00

There is sufficient psychological support availatolesiblings of children with life-limiting
neurodevelopmental disabilities

158 | 100 | 1.00 | 12 | 150 | 1.00 | 1.00 [ 12 | 92% disagree| -1.00 | .32

There is good home support for end-of-life caretli@se children

208 | 200 [ 1.75 ] 12 | 175 | 2.00 | 1.00 [ 12 | 92% disagree| -1.00 | .32

Children and families suffer because of long delaysaiting for necessary equipment

415 | 400 | 1.00 | 13 | 408 | 400 | 1.00 | 12| 83%agree | 0.00 | 1.00

Services are flexible enough to respond to a faorikis at short notice

225 | 200 [ 275 ] 12 | 250] 200] 1.75 | 12| Noagreemenf -1.00 .32

Out patient appointments are prioritised in favolthese children and their families

217 | 200 | 1275 | 12 | 233 | 200 | 1.00 | 12 | Noagreement| -1.00 | .32

The lack of staff within services results in chiddrnot receiving the care they need

400 | 400 | 150 | 13 | 383 | 4.00 | 0.75 | 12 | No agreement| -0.58 | .56

It is difficult to get a holistic view of the chilslneeds because of the number of health-profesisi@amd
services involved in the care of the child

338 | 4.00 | 2.00] 13| 3.42 4.00| 1.76 12  No agreement 00 0. 1.00

Shaded statements indicate agreement & consensieved in Round Three
Scale: 1 = strongly disagree — 5 = strongly agree

7.7.4.2.3 Service Integration and Coordination
Of the six service descriptors related to the ireggn and coordination of services expert
agreement was reached on only two statements,rang gonsensus on a third [Table 7.7].

Wilcoxon'’s Signed Rank Test indicated stabilityre§ponses between rounds for all items.
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Table 7.7Service Integration and Coordination

R2 R2 R2 n R3 R3 R3 n Agreement W p
Mean | Median | IQR Mean | Median | IQR
There is poor communication between acute serandscommunity based services in the care of these
children

400 | 450 | 1.75 | 12 | 408| 4.00| 1.00 | 12| 83%agree| -1.41 0.1

[¢2)

Acute services are not aware of the range of ses\icat are available to children and their fammiliethe
community

354 | 400 | 1.00 | 13 | 4.00 | 4.00 | 0.00 | 12 | 92% agree | -1.34 | 0.18

General Practitioners lack the experience and égpatecessary to deal effectively with these céaiid

392 | 400 | 200 | 12 | 4.08 | 4.00 | 1.75 | 12 | No agreemen{ -.100 | 0.32

There is poor coordination and integration of segsiinvolved in the care of these children and thei
families

408 | 450 | 1.75 | 12 | 400 | 400 | 1.75 | 12 | No agreemen{ -0.82 [ 0.41

Families receive conflicting information about thehild from different services

326 | 4.00 | 1.00] 13| 35§ 4000 10D 12 Noagreement00-1 0.32

There is collaboration between the different sawiegarding the goals of care for these children

254 | 2,00 [ 300 | 13 | 2.00 | 2.00 | 2.00 | 11 [ No agreemen{ -1.34 | 0.18

Shaded statements indicate agreement & consensieved in Round Three
1 = strongly disagree — 5 = strongly agree

The group was in agreement that there are someutifés relative to the interface between
acute and community based services, specificadliyttiere is poor communication between
these two levels of care. The panel also agreddcthae services are not aware of the range
of services available to children and their fansilie the community. No other statement

reached the study’s threshold for agreement.

7.7.4.2.4 Ease of Access to Services

Agreement and consensus was achieved with regdrathostatements in this category, and
Wilcoxon'’s Signed Rank Test indicated stabilityre$§ponses between rounds [Table 7.8].
Expert opinion was unanimous, with 100% of respotsldisagreeing that it is easy for
parents to access information about the serviGsatie available for their child, or to access

the services themselves.
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Table 7.8Ease of Access to Services

R2 R2 R2 n R3 R3 R3 n Agreement W p
Mean | Median | IQR Mean | Median | IQR

It is easy for parents to access the services thdd needs

185 | 200 | 100 | 13 | 175 | 2.00 | 0.75 | 12| 100% disagree -1.00 | .32

It is easy for parents to get information aboutdBerices that are available to their child

200 | 200 | 000 | 13 | 1.92 | 200 | 0.00 | 12| 100% disagree] -1.00 | .32

Shaded statements indicate agreement & consensieved in Round Three
1 = strongly disagree — 5 = strongly agree

7.7.4.2.5 Perceptions of Parents

The panel failed to agree on any of the three sesuvilescriptors related to services
perceptions of parents, with Wilcoxon’s Signed Raekt indicated stability of responses
between rounds for all items suggesting no agreearaongst the group in respect of the
position parents’ occupy in the care of the childile 7.9].

Table 7.9Perceptions of Parents

R2 R2 R2 n R3 R3 R3 n Agreement W p
Mean | Median | IQR Mean | Median | IQR

The child and family are seen as a single unitaoéc

267 | 250 | 1.00 | 12 | 233 | 2.00 | 0.75 | 12 [ No agreemen| -1.34 | 0.18

Health professionals acknowledge parents expertidee care of their child

346 | 4.00 | 200 [ 13 | 342 | 400 | 1.75 | 12 | No agreemen{ -0.45 | 0.66

Parents are considered equal partners in the gettid prioritising of goals for their child’s care

346 | 4.00 | 150 [ 13 | 350 | 4.00 | 1.00 | 12 | No agreemen{ -1.00 | 0.32

1 = strongly disagree — 5 = strongly agree

7.7.4.2.6 Provision of Palliative Care

There was little agreement amongst the panel wigands to the current provision of
palliative care to young children with life-limignneurodevelopmental disabilities and their
families. Of the six statements related to thiseaspf services only one achieved both
agreement and consensus in the final round. Speltyfithe expert panel agreed that in

current services palliative care is considered tatly in the child’s condition or in cases of
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crisis management. Wilcoxon Signed Ranks Test atddt stability of responses with no

statistically significant change to scores betweemds two and three [Table 7.10].

Table 7.10Expert Opinion on the Provision of Palliative Care

R2 R2 R2 n R3 R3 R3 n Agreement W p
Mean | Median | IQR Mean | Median | IQR

Palliative care is only considered late in theaikcondition or in crisis management

450 | 450 | 1.00 | 12 | 425 | 4.00 | 1.00 | 12 | 92% agree | 0.00 | 1.00

Medical teams lack interest in these children bseanf their limited prognosis

275 | 200 | 275 | 12 | 442 | 200 | 1.75 | 12 | No agreemen{ 0.00 | 1.00

Children with life-limiting neurodevelopmental diskties often undergo futile investigations and
procedures

350 | 350 | 250 [ 12 | 342 | 350 | 1.00 | 12 | No agreemen|{ 0.00 | 1.00

Medical staff are reluctant to discuss the fact théldren are “life-limited” with parents

392 | 400 | 175 ] 12 | 367 | 400 | 2.75 | 12 | No agreemen{ 0.00 | 1.00

Medical teams fail to recognise the palliative cageds of the child

385 | 4.00 | 250 [ 13 | 383 | 4.00 | 2.00 | 12 | No agreemen{ -1.00 | 0.32

Access to specialist palliative care servicesaslilg available if it is required

246 | 2,00 [ 300 | 13 | 242 | 2.00 | 1.50 [ 12 [ No agreemen| -1.41 | 0.16

Shaded statements indicate agreement & consenisieved in Round Three
1 = strongly disagree — 5 = strongly agree

7.7.4.3 Priorities for Improving Services

In Round Two panellists identified the need foiregke care plan for use across services, a

key worker available to every family, and a gre#gel of communication between all of the

health professionals involved in the care of thié&ds the highest priorities for improving
services to children with life-limiting neurodevploental disabilities and their families.

However, the large interquartile ranges for alingain this round demonstrate considerable

disagreement amongst the group with regards tpribaty awarded to these changes. Only

one low ranking priority (a national directory @frsices) achieved consensus in Round Two

[Table 7.11].

Six priorities for improving services retained thefiginal ranking between Rounds Two and

Three, with an additional ten moving up or down cargking between the rounds.
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Wilcoxon'’s Signed Rank Test demonstrated that tiva® no significant difference in the

mean scores for the priorities for improving seegibetween round$\{= .00, p=1.00).

While there was some movement in terms of priawsarded, the five highest ranking
priorities for change from Round Two were retaiasdhe five highest ranking priorities in
final round, with three achieving consensus. Theskeided “a single care plan for use across
all services” ranked as the highest priority charigereater level of communication
between all the health professionals involved endare of the child” ranked second highest

priority, and “a key worker available to every fadyhiranked third.

Although ranked fourth and fifth respectively neittia greater level of coordination and
integration of services” nor “a specialist paeddapalliative care consultant to act as a
resource when necessary” achieved consensus id tbree with IQRs of 3.5 and 6.25
respectively, indicating a wider range of disagreetramongst the group with regards to the
final ranking of these priorities.

278



Table 7.11Respondents Rank Order of Priorities for Improv8egvices Rounds 2 & 3

Shaded areas indicate group consensus

R2
. . o R2 R2 R3 R3 R3
Required Service Change PI‘ISI’II Mean Median R2 IQR n Priority Mean Median R3 IQR n w P
A greater level of communication between all the 4
health professionals involved in the care of thiédch 3 577 4.00 7.00 13 2 375 3.00 175 12 147 14
A key worker available to every family 2 4.92 3.00 8.50 13 3 3.92 250 1.00 12| -96 34
A single care plan for use across all services 1 4.38 3.00 5.00 1 1 275 1.00 1.00 12 293 03
A greater level of coordination & integration ofth 5 7.08 6.00 7.00 12 4 5.50 5.00) 3.50 12 -94 34
services involved in the care of the child
A single point of contact for information for faneis 7 8.62 8.00 8.00 13 10% 933 9.00 6.50 12 -3¢ 7
Less beurecracy with regards to the family's 13 11.00 12.00 7.50 13 14 11.83 12.50 6.25 12 -5 .58
entitlements
Access to palliative care in a timely and efficient 6 785 5.00 3.00 13 6 733 6.00 5.5 ho 58 58
manner
Parent held medical records 18 12.92 15.00 9.50 13 17 14.83 17.50 7.74 12 -183 .07
A national directory of services 17 12.85 13.00 2.00 13 18 14.92 15.00 4.75 2 204 04
Improved education for community based health 14 11.46 13.00 550 14 13 11.75 13.00 550 12 -9 36
professionals
A specialist paediatric pa_lllatlve care consultiandct 4 6.46 5.00 4.00 1 5 708 5 50 6.25 ho -6 50
as a resource when required
A formal care coordinator in every HSE area 1 954 10.00 9.00 11 11 10.75 11 6.50 12 68 50
Medical priority status in A& E and OPD department 12 977 9.00 8.50 14 12 10.92 12.00 8.25 12 160 11
The_ d(_avelopment of community based paediatric 8 8.85 8.00 950 1 g* 933 750 725 12 -3 72
palliative care teams
Improved respite facilities 9 8.69 7.00 7.50 13 8 9.17 9.50 4.00 12 -1 85
A Ie_ss protracted system for ordering essential 16 12.38 12.00 9.00 14 16 1217 12,50 6.74 12 . 76
equipment
Improved communication between acute and 10 9.23 9.00 1000 | 13 7 8.58 9.00 7.00 12 -68 47
community services
National standards of care 15 11.54 13.00 8.50 13 15 12.00 15.50 9.50 12 -203 .04
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In addition to those items on which consensus whgsged, the IRQ was reduced for a
further 13 items in Round Three suggesting a mowatds consensus in this round.
However, overall the range of IQR remained wid® (39.5) which suggests that, excluding
those items which were ranked as being the threst mmportant priority changes to services,
and on which consensus was reached, there wasesldittle agreement amongst the panel
as to the priority service changes should takenfwrove the care provided to children with

life-limiting neurodevelopmental disabilities arfeeir family.

7.8 Summary of Key Findings from Phase Two
The expert panel in this Delphi identified the miogportant goals of care for young children

with life-limiting neurodevelopmental disabiliti@sd their family as:
Achieving the best possible quality of life for tbleild.
Open and honest communication with the family.

Achievement of the child’s full potential withingHimits of the iliness.

N

Optimum symptom management.
5. The child is cared for at home.
There was a high level of agreement amongst thereppnel that these should be the

primary goals when providing care to this populatd children and their families.

At a general level there was agreement about issleged to the structure and funding of
services to young children with life-limiting ned®velopmental disabilities and their
families. The panel agreed that current servicesadavell serve this population, with under-
funded and under-resourced services, and a hebagae upon charity services to meet the
needs of this group of children and their familiElsey also agreed that the availability and
provision of services is largely dependent upongegn@graphical region in which the family

lives.

The panel also agreed that there are gaps in seiviessareas, as well as a lack of
communication between acute and primary care ssvigpecific service deficits included;
insufficient respite services; insufficient psyabgical support to parents and siblings; poor

home support for end-of-life care; long delays lmtaining necessary equipment; and a lack
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of key workers available to children and their fa@si. Access to both services, and

information about services, was agreed to be diffior parents.

The position that parents occupy in the contexhefservices their child received is not
clear, with little agreement amongst the experepanthis regard. Similarly the provision of
palliative care to this population of children apecomplex, with little agreement amongst
the expert panel beyond agreeing that palliative tacurrently only considered late in the

child’s condition or in crisis management.

The panel identified what they considered to benlbst important changes to services that
would act to improve the care delivered to childneth life-limiting neurodevelopmental
disabilities and their families. These were ideatifas
1. Asingle care plan for use across all services
2. A greater level of communication between all theltieprofessionals involved in the
care of the child
3. A key worker available to every family
4. A greater level of coordination and integratiortlad services involved in the care of
the child
5. A specialist paediatric palliative care consult@nact as a resource when required.
However whilst there was a high level of agreenanbngst the panel with regards to the
top three requirements for improving services tongpchildren with life-limiting
neurodevelopmental disabilities and their familteg, large IQR for the fourth and fifth

indicated much less agreement regarding theseplanrtipriorities for change.

7.9 Preliminary Discussion
This section discusses the findings from the Deligleid in this phase of the study. Both

consistencies and inconsistencies in the findingsiscussed.

It is the explicit and stated aim of Irish healtllipy to provide health services to all who
need them. Indeed the vision stated by the DepattofeHealth and Children is for “a health
services that is there when you need it, thatilsdad that you can trust” (DOH&C,
2001h:8), while the children’s palliative care pgl(DOH&C, 2010:25) proposes the
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development of children’s palliative care servitiest are based upon the principles of
“inclusiveness, partnership, comprehensivenesdlaxitility”. Despite these stated visions
and aspirations the findings of this Delphi sugdleat this has yet to be achieved, and that
developing systems of services to best meet thasnafeyoung children with life-limiting
neurodevelopmental disabilities and their famitieatinues to represent a significant

challenge for all services and agencies involvetthéncare of this population.

The goals of care agreed by the panel for chilgrigm life-limiting neurodevelopmental
disabilities and their families are generally cetet with the concept of a child-centred
service. However, absent from this priority listgofals is the family-centred element of care
synonymous with a palliative care approach (Seplae¢ al, 2002; DOH&C, 2005, 2010). It
is interesting that, despite the emphasis awamedgporting parents with the provision of
care in the preliminary interviews, and the ideadifion of “parents are supported with the
provision of care” in the first Delphi round, thesue did not rank in the top five goals of
care in the iterative rounds of this Delphi. ThEglespite the fact that “the child is cared for at
home” did. In the context parents’ reports from $h®ne, this may suggest that service
providers underestimate either the work involvedanng for these children at home, or the
negative impact providing care has on the famipeesally the mother as the main provider
of day-to-day care. This may account for the reédyi low priority awarded by the panel to
“the provision of appropriate respite” for familjemnd to the goal of “the family continues to
function as a unit and enjoy life”. It may also agnt for the fact that the panel did not agree

that children and families are seen as a unit af.ca

This apparent lack of a family-centered approaatate is reinforced by the lack of
agreement amongst the panel with regards to sergmeeral perceptions of parents,
whereby the panel failed to agree that parentséeige is acknowledged in the care of their
child, or that parents are considered equal patnghe setting and prioritising of goals for
the child’s care. Partnership is important to pteef children with disabilities (Case, 2000;
Farrellet al, 2004, Campbell, 2007). Partnering between famdied their children’s’ health-
care providers is a cornerstone of family-centr@e @nd has been found to be associated
with demonstrably better outcomes than those aetitwough the traditional medical model
(Zimmerman & Dabelko, 2007; Knamgt al, 2010). Although there is no single definition of

partnership in this context Feredetyal (2010) defines equality, mutual respect, mutually
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agreed upon goals and shared planning and decmsa&ng amongst the constituents of a
parent-professional partnership. However it mayha¢ the idea of “partnership” is
interpreted differently between services and pateftie findings of this Delphi suggest that
that professionals continue to control the paremufgssional relationship, assuming the role
of ‘expert’, rather than integrating and consultpagents in a negotiated decision-making
process. This is contrast to MacKestrals (2005) findings which suggests that parents want
to work truly collaboratively with health-care prders in making treatment decisions and on
implementing a dynamic care plan that will worktdes child and family. Recognition and
acknowledgement of parents’ expertise, not just teehnical skill, is important and has
been found to underpin parent-professional relatigs. Kirk and Glendinning (2002) found
that experts who failed to acknowledge parents rtiggeor who questioned parents judgment
about the child’s need for treatment caused pasergsr and distress, not least because of
the potentially serious consequences for the childle Knappet al (2010) found that
family-provider partnership was a positive and gigant factor for organised and easily

accessed community services.

There was agreement amongst the expert panelghétes are under-resourced, under-
funded, geographically inequitable and heavilyamiupon charity services to meet the needs
of children with life-limiting neurodevelopmentaisdbilities and their families. These
findings are consistent with parents’ reports féhase One, and with previous Irish research
in this area, from both the perspectives of motfleesimond & Richardson, 2003) and
service providers (Quinet al 2005). Quinret al (2005) reported that service providers in
their study reported services that are difficultdnsistent and at times unfair and
discriminatory. Specific deficits in service praais identified by the Delphi panel in this
study included psychological support, provisiomadpite, difficulty accessing necessary
equipment and appliances, and in-home supportnidioé-life care. In addition the panel
agreed that a lack of key workers is problematicurrent services. Many of these factors
were also identified as inadequacies by healthigeproviders in Quinet als study (2005).
Psychological support for parents of young childrath life-limiting neurodevelopmental
disabilities is essential since a significant boéliiterature indicates that parents of children
with disabilities experience significant stress efhmay be chronic and persistent over time
(Hodappet al, 2003; Redmond & Richardson, 2003; Foedal, 2004; Rainat al, 2005;

Esteset al, 2009). Since respite has been demonstrated thoaate psychological distress in
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parents of children with neurodevelopmental diséds (Mullinset al, 2002) it is possible
that the lack of both respite services and psydicéd support acts synergistically to increase

the overall burden on mothers.

Despite the fact that key workers are a key featbigurrent policy initiatives (DOH&C,

2005; DOH&C, 2010), and have been demonstratedve positive outcomes for families
(Greco & Sloper, 2004; Grea al, 2005; Slopeet al, 2006), the panel agreed that the lack
of key workers continues to be problem in curremvises to children and their families. This

issue was also raised by parents in Phase One.

There also appeared to be some contradictionsn@odsistencies in the findings of this
Delphi. Gibson and Brown (2009:141) suggest thabmsistency occurs when “two or more
features of the data are not consistent with effodr'd This is apparent in the context of the
expert panel’s opinion on the integration and comation of current services. There are two
main issues to be explored here. The first rel@téise dichotomy between the opinion of this
expert panel and the expressed opinion of pararRaase One and previous research carried
out in an Irish context by Redmond and Richard2®®38) and Quinet al (2005). The

second relates to the inconsistency between thelgapinion on service coordination and

the proposal of “improved service coordination amdgration” as the fourth priority change

that would improve services to this population lofdren and their families.

Expert opinion in this Delphi appears to not ondyicadict previous research in this area
(Redmond & Richardson, 2003; Quiahal, 2005), and also contradicts parents’ experiences
of service in Round One whereby parents reporgghfientation in the way services are
organised and delivered. The inconsistency betwleeppinion of this panel and the opinion
of health professionals in Quirt als (2005) study may possibly be accounted for by
methodological variations in the two studies. Quehal (2005) used a qualitative approach

to explore professionals’ opinions about servidegration and coordination for a generic
population of life-limited children in the contest specialist palliative care. Alternatively

this study used a quantitative approach to exgoséessionals’ opinions about general
service integration and coordination specificatiyhe context of young children with life-

limiting neurodevelopmental disability.
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However, accounting for the difference in opini@ivieeen the expert panel of service
providers and parents is more difficult. Due to ¥heety of services and agencies involved
in the care of these children and their familigs possible that health professionals are
focused predominantly on their own service and afexpertise, and are simply not aware
of how other services function and how servicewofjether. This broader view may only be
available to parents as they try to access andritie services into a meaningful whole to
apply them to the needs of the child and familyisTgosition is supported by Hunt, Elston &
Galloway (2003) who also reported discrepant vibetsveen parents and service providers
in their study exploring service provision to lifezited children and their families in the
United Kingdom. Kirk and Glendinning (2002) repatt@milar findings whereby
professional groups feel they worked well togettentrary to parents’ experiences and

suggests that this is related more to their vale@ach other’s professional contributions.

The second issue in this regard relates to thel’'sgmeposal of “improved service
coordination and integration” as the fourth pripghange that would improve services to
this population of children and their families, pigs the fact that they failed to reach
agreement that there is poor coordination of cairservices. The discrepancy may be a
methodological issue associated with the variedtlons and small number of experts on the
panel. It is also possible that poor coordinatibeesvices in not a national problem and that
service integration and coordination is worse imsa@reas than in others which would

contribute to this discrepant view.

There was little agreement by the expert panetssués related to the provision of palliative
care, or adoption of a palliative care approaclchitdren with life-limiting
neurodevelopmental disabilities and their familiBise expert panel agreed that palliative
care is only considered late in the child’s comuditor in cases of crisis management, but did
not agree that medical teams fail to recognise#ikative care needs of the child, or that
medical teams are reluctant to discuss that tHd hilife-limited” with parents. There are a
number of possible explanations for this apparentradiction. Based upon parents reports
in Phase One of the study (parents perceptiong#rarally their child’s symptoms are
adequately controlled) it may be that early relés@ot necessarily indicated or required in
this group of children. Alternatively, since thenpadid not agree that access to specialist

palliative care services is readily available iéded, it may be an issue of access. This would
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account for the identification of a specialist paéit palliative care consultant as a priority
for service improvement by panellists. It is alesgble that late referral is a consequence of
the difficulty of defining the terminal phase dhiss in this group of children (Levetown,
2001; Brook & Hain, 2008) which is potentially ptelmatic for this group of children and
their families in the context of the DOH&C childiemalliative care policy (2010) which
advocates that priority for in-home support is gite children who are “approaching the end

of life”.

The top three priority changes to improve curremvises are consistent with the expert
panel's agreement that there is poor communicdteween hospital and community based
services, and this supports parents experiencesPtiase One. The centrality of a
coordinated and multiagency approach to the planand delivery of care and support to all
children with palliative care needs has been docueae(\Watsoret al, 2002b; ACT, 2003;
Quinnet al, 2005; DOH&C, 2010). Campbell (2007) identifieatthin the context of
disability services, the highest quality ratings achieved when there is evidence of the use
of multidisciplinary integrated care pathways whatarify expected steps and outcomes.
Similarly the priority awarded to a key-worker fvery family is consistent with the panel's
agreement that the current lack of this resourselt®in the ad hoc deliver of services. This
is consistent with finding of pervious researchalhguggest that key-worker availability
would improve coordination and integration of seed to the child and family Hunt, Elston
&Galloway, 2003; Quinret al, 2005; Grecet al, 2005; Slopeet al, 2006).

The second inconsistency in the data relates tpdhels proposal for the appointment of a
specialist palliative care consultant as the fiftiority change to services that would improve
care to this population of children and their faesl This appears inconsistent with the
panel’s opinion on current service provision esalgcihe failure to agree on issues of access
to specialist palliative care. One explanationtfos may be the difference between having
access to an adult specialist palliative care seradapted to the needs of a child with a life-
limiting neurodevelopmental disability as is cuttgmvailable, and access to a specialist
paediatric palliative care services, which woulddmused exclusively on the needs of the

child and family, as is the proposed change toetuirservices.
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Although the top five priorities for service impewent were consistent between Rounds
Two and Three, the IQR for proposed changes toamgservices was much larger than the
IQR for the goals of care indicating less agreemaembngst the panel with regard to the
factors needed to improve services. This may hmetion of the panel constituency in that
members were both hospital and community basedit @g@ossible that the perceptions of
these two groups may differ with regards to theeptal of changes required to improve
services. An alternative explanation may be tH#tpagh professionals are generally agreed
on the goals of care for these children and tlaarilies, they are simply less likely to agree

on how services should function to achieve thesdsgo

7.10 Strengths and Limitations of Phase Two
The conclusion drawn from this phase of the stumbul be considered in the context of the

strengths and limitations of the phase. Therdtls lilefinitive guidance to be found in the
literature with regards to the decisions made duaiielphi, and although the decisions
made, and the rationale for these decisions, hage made clear in this study, it is
nevertheless subject to the general criticismdéelat the Delphi method.

The main strength of this Delphi was the nature @stituency of the expert panel. The
criteria for expertise are clearly stated, andpheel encompassed a comprehensive,
interdisciplinary, multi-agency perspective. Alrgees, statutory, voluntary and charity
services which provide care to this populationtafdren and their families were included.
Many professional disciplines were involved andelkls of services delivery were

represented. In addition, the panel representedianal sample of experts.

Alternatively the overall size of the panel waateely small when compared to the panel
size in much published literature, and confidemcthe findings needs to be considered in the
context of the panel size. It is difficult to ditBccompare the response rate for this Delphi
with other published literature due to the varietynethods used for reporting response rates
and, in some cases, the ambiguity of exactly whaeing reported. Some authors report an
overall response rate, for example Gibson (1998)nted a 64% response rate in a three
round Delphi, while Butterworth and Bishop (199&port a response rate of 61% in their
two-round Delphi, however it is not clear whethas ffigure represents the figure for each
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round, or the percentage of respondents who coatphdt rounds. Although it is generally
accepted that the higher the response rate theegtba validity of the study, there is little
guidance in the literature regarding a definititenslard. Sumsion (1998) suggests a
minimum response rate of 70% for each round althdbis appears to be an arbitrary figure
and the empirical justification for it as a sigoént standard is not clear. Although some
studies do report response rates in excess of 80&ath round (Croucét al, 2002;
Staggert al, 2002; Hemmingst al, 2009) more commonly this 70% minimum response
rate for each round is not achieved with a mininrange of 40 — 65% reported in the
literature (Endacottt al, 1999; Scotet al, 2006; Wieneket al, 2009; Greert al, 2009;

Wilson & Moffat, 2010). This study met Sumsion’9©@B) standard for all but the first

round.

7.11 Conclusion
The expert opinion of this Delphi panel is thatreatly services to young children with life-

limiting neurodevelopmental disabilities and thfamilies are under-funded and under-
resourced, with definite gaps in some areas ofs@provision as well as poor
communication between acute and community basettesr While the expert panel agrees
on what the goals of care for this population afdrbn and their family are, there is less
consensus regarding the changes to current sethiaeare required to achieve these goals
and improve services to this population of childae their families. This makes acting to
improve services to young children with life-linmgj neurodevelopmental disability a

complex task.

This chapter has provided an overview of Delphi described the conduct of a Delphi study
of expert opinion on the services currently avddab young children with life-limiting
neurodevelopmental disabilities and their familldsth agreement and disagreement
amongst the panel had been explored and possiplarations of inconsistencies in the
findings proposed. The findings from this Delphllwe integrated with those from Phase
One of the study in the next chapter.
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Chapter 8: Integration of Findings

Segal’s Law
“A man with one watch knows what time it is
A man with two watches is never sure”
Bloch A. (2003:36) Murphy’s Law.
New York; Perigee Books

8.1 Introduction
In this chapter the integration of findings from@ases and stages (parents’ survey,

mothers’ interviews and Delphi) are presented. phesentation is sequenced in accordance
with the research objectives and questions idewtiin Chapter Four. Subsequently the
chapter begins with the integrated findings reldtetthe challenges experience by young
children with life-limiting neurodevelopmental diskties and their palliative care needs.
These findings address research questions onevand his is followed by the findings
related to the impact of providing care on the famihis focuses principally upon the
impact on, and perspectives of, the mothers of galnildren with life-limiting
neurodevelopmental disabilities as mothers wergtimeipal respondents in both stages of
this study and also identified themselves as thia praviders of care to the child. These
findings relate to research questions three anddgod also questions six to eight. Finally the
integrated findings related to the services de#iddp this population of children and their
families are presented. These findings relatedearch question five and questions nine to

eleven.

An abbreviated version of the findings relatingsthéo the aims, objectives and research

questions of the study are presented in Figure 8.1.

289



Figure 8.1Integration of Findings: Meeting the Aims and Olijees of the Study

Aim

Objectives

Research
Questions

Summary
of Key
Findings

Provide a detailed and reliable evidence basea@hates to the palliative care needs and deliveésgwvices to
young children with congenital neurodevelopmenisébilities and their families.

Explore the palliative care
needs of children with life]

Explore families’ experiences
of the services delivered t

Explore the impact off
providing ongoing care td

J

Identify areas of exper
agreement & disagreement

limiting neurodevelopmental | children with life limiting them, and their perception qf | regarding  provision  of
disability and their families. neurodevelopmental disability | how these services wor services to this population gf
on the familv. toaether to meet their nee children and their families
v v v v
1&2 3,4,5,6,7 8 9, 10, 11

A 4

A 4

A 4

Young children with life-

limiting neurodevelopmental
experience significant physicall
and social morbidity.

They require complex and
highly skilled care.

Mothers’ report good control
of symptoms.

No evidence of unmet need far
specialist palliative care
services.

Caring for young children with life-limiting neuredelopmental
disability impacts on all dimensions of family life

Family life is organised to accommodate the cageirements of
the child, and is characterised by uncertaintyiaathbility.

Mothers, as the principal providers of care, syfgychological and
social morbidity that rivals the morbidity experienl by the child.

Mothers report services are underfunded and irgefft meet the
considerable needs of children and their families.

Services are described as difficult to access aadacterised by
inconsistency, fragmentation, beurecracy and poordination.

Mothers’ suggestions for improving services centighe provision
of more main stream services, and they proposdahaly life
would be much improved by the provision of addidbn
instrumental supports.

Service providers report
underfunded and insufficient
services that do not
adequately meet the needs
of this population.

There is agreement amongst
service providers regarding
the goals of care, and these
are child focused.

There is less consensus
about how to improve the
situation for these families,
with suggests improvements
focusing on service-process
related issues.
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8.2 Young Children with Life-Limiting
Neurodevelopmental Disabilities and Their Palliativ. = e

Care Needs
Data from parents suggest that young children lifgHimiting neurodevelopmental

disability experience significant physical and sbanorbidity associated with their

conditions. Often a wide range of medical interi@naind technology was required to
sustain the child on a day-to-day basis. Whilevimlials problems or particular symptoms
experienced by the child were generally considévdze well controlled, overall the
management and care of these children involvediderable labour on the part of mothers,
who were required to provide high levels of oftemplex and technologically advanced care
on a daily basis. Not only did this care involve thanagement of complex drug regimes and
feeding schedules, but it also required mothedet@lop specific skills in areas of nursing
and physiotherapy. Mothers’ reported that theyixecklittle or no training for this aspect of

care.

In many cases the care required by the child ireebhound-the-clock, twenty-four hour a
day care. The provision of this care was charasdrby uncertainty, unpredictability, and
frequent oscillation in the child’s health statlibis was reported in the survey’s open-ended
questions, whereby mothers commented on the coitybad instability of the child’s
condition, and described in detail in mothers riarea. The unpredictable nature of the
child’s condition meant that mothers needed todrestantly vigilant and alert to even the
most subtle changes in the child’'s normal healitust it also made obtaining outside help
with the child’s care difficult. In an attempt tcamtain stability in the child’s condition, and
to ensure the very best for their children, motlestablished a strict and precise routine
round compliance with the child’s medical and tealbgical needs. This routine took

precedence over all other aspects of family lifeg all other members of the family unit.

In addition to the physical and medical challengasfronting the child, mothers’ also
described the considerable social morbidity thatdhild experienced as a consequence of
their condition. This involved the exclusion of tttgld from the everyday social

opportunities normally available to young children.
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Despite all of these challenges, and the signifiead unrelenting ordeal of care-work
involved, children in this study were much lovedi aalued. This was an essential feature of
mothers’ narratives. Although mothers describediffeculties involved in providing

ongoing care, and many reported a need for greadpite facilities and other practical
supports to help them provide the care requiredpatincture in the study did any mother

suggest that they wished for their child to be ddog anywhere but in their own home.

8.3 The Family Impact of Providing Ongoing Care

The consequences of providing on-going care to galnidren with life-limiting
neurodevelopmental disabilities are significant,the family unit, and in particular for the

mother as the main provider of care.

Mothers in this study experienced significant pgjofgical morbidity. This is evidenced in
the total GHQ-28 scores amongst the sample. Thedugres on the somatic symptoms and
social dysfunction subscale of the GHQ-28 is furéheplained in mothers’ stories of
physical burden and exhaustion, and the curtailmeapportunities for social interaction
outside the home as a consequence of the careraguiked. Some mothers lamented the
loss of employment, both as an issue of changéasetept and as an opportunity for social
interaction, while others spoke of the difficultiésmaintaining friendships in the context of
complex and unpredictable care obligations. Theidgand Insomnia subscale of the
GHQ28 recorded the highest mean subscale scoregstriitie mothers in this sample.
Mothers’ interviews would suggest that most of #niiety is associated with service-related
issues, in particular the constant apprehensiontadmmtinued and appropriate service
provision to their child, and for many, the worilyoait how they would continue to provide
care in the future should services be reduced thdnawn. The insomnia element of the
subscale may also be influenced by the 24hr nafuttee work involved in caring for a

young child with a life-limiting neurodevelopmentiitability, and the unpredictable nature
of the child’s condition. The high level of psychgical morbidity recorded in Stage One of
the first phase is consistent with the expressed af the expert panel that there is not

enough psychological support available to parents.
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Although mothers recorded fairly good levels ofiabsupport in Stage One, the importance
of distinguishing between social support as a gdreemcept and practical help as a specific
concept became apparent in Stage Two. It is evitem mothers’ narrative reports, and
from the commentary that mothers made in the opele@ section of the social support scale
used in Stage One, that although partners, famiyfaends are generally supportive this
does not necessarily translate into practical essie that is of great value in the day-to-day
provision of care. Mothers considered that frienad their own lives to get on with or did

not understand the complexity of their situatiamg aften did not want to worry other family
members with their concerns and difficulties. Idiidn, because of the complex nature of
the child’s care, a standard of technical or mdgioaficiency was required which was often

not available from family and friends.

Providing on-going care to a young child with @4iimiting neurodevelopmental disability
at home also had consequences for the family This was evidenced by the IFS scores in
the parents’ survey, and explained in mothersrunsvs. This negative impact appeared to
be subtle and multi-faceted, and the predictoraldeis for this were not easy to identify.
Mothers’ described that family relationships werpacted. This appeared to be particularly
problematic if there were other siblings in the ilgrin both stages of the study mother
reported the time commitment required to meet #es of the ill child negatively affected
the amount of time available to devote to the nedéagher siblings. This was a cause of
considerable guilt in some instances. However mietakso reported an impact on
relationships with partners as the changed fanmigumstance necessitated a re-negotiation
of roles and relationships.

There were also consequences for family financéh, mothers’ reporting increased costs
associated with frequent hospitalisations, additionedications not available under the
General Medical Services Card scheme, travel toiappents, and equipment that they
considered essential to their child’s needs butkvkias not available to them through

services.

Mothers coped day-to-day in a variety of ways. Tegw upon several sources of support
including partners, family, friends and the paresitether children in situations similar to

their own. Coping was facilitated by adhering ttréct routine for the child’s care,
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organising family life with military precision, fosing on and accentuating positive
elements, and by attributing meaning to the situatCoping appeared to have a bidirectional
focus and was aimed at achieving two main goalsuremg the needs of all family members

were met, and maintaining a sense of normalcyhferchild and the family.

8.4 The Services Available and the Process of Deli  very
While there was a high level of service usage agabthe families in this study there was

also considerable unmet need for services. Thisdidppear to be related to a requirement
for specialist services, rather it was associat#la tive need for more frequent access to the
general services that the child currently receivegbarticular, mothers expressed an urgent
need for more therapeutic services and family sup@vices. Mothers’ experiences and
perceptions of the services available to theircchiid family were consistent between the
first and second stages of Phase One. Survey §adirat services are insufficient,
inconsistent, and underfunded received strong stjijoon mothers’ narratives. In addition,
these perceptions were supported by the opiniossmice providers in Phase Two, whereby
the expert panel also expressed that current ssraie underfunded, under-resourced and
insufficient to meet the needs of this populatibchaldren and their families. Both groups of
respondents reported that they believed there waseguitable geographical distribution of
resources, with services related not to the levaked experienced by the child and family,

but rather dependent upon where the family lived.

Given this uniform perception of the services caitigeavailable it is not surprising that both
parents and service providers reported a heawynedi on charity services to meet the needs
of this population of children and their famili@is was identified in parents’ surveys and
amply evidenced in mothers’ narratives where tlegprted not only their appreciation of,
and dependence on, a particular charity servidegdscribe this service as essential support
to their continued coping. Several mothers repatiatithe potential loss of this service was

a source of constant fear and anxiety for them.
Mothers also described additional difficulties tlecountered with the services that their

child receives which were acknowledged by serviowigers. These included difficulties

with accessing information about services, longgeblnd waiting times, and cumbersome
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bureaucracy that substantially increased the ovewatlen of care. Both mothers and service
providers acknowledged the difficulties encountesde trying to access services for the
child. Accessing what their child needed was describy mothers as a constant “battle”.
This metaphor was used in parents’ surveys andategdrequently in mothers’ narratives.
Mothers’ narratives suggested that it was this @omstruggle with services that had more
negative consequences, for the child, the mothettzan family unit, than the substantial
work involved in caring for the child day-to-day.hilé the expert panel reported poor
communication between acute and community serva@@amunication was a much more
critical issue for mothers in this study who repdrtonsiderable difficulty with

communication at all levels.

The panel of service providers opinion that thé laickey-workers results in the ad hoc
delivery of services to young children with lifediting neurodevelopmental disabilities and
their families is consistent with parents idengtion of the need for a single source of
support and information to improve their familyusition (many specified that this was a key-
worker). The issue of key-workers also arose, bo#rctly and indirectly, in both stages of
the parents’ data. Having a key-worker was negtiserrelated with mean IFS scores, and
with difficulty obtaining services. In addition hiag a key-worker or identified link-person
was also identified as a factor that worked wehlew it was available, in parents’ surveys.
Mothers’ narratives supported the view that hadntamed link-person was a critical
resource when it came to accessing informationsemdces that they needed for the child,
yet findings from Stage One suggest that one inflmmilies do not have access to a key-

worker or link-person.

Relationships with health care providers arosenash@r important, but somewhat conflicted,
feature of this study. Respectful and Supportive cacorded the highest mean score of the
MPOC20 subscales in Stage One, and all mothersimézd individuals who had a

significant positive impact on their family situariin Stage Two. However, the Enabling and
Partnership subscale recorded only a mean scer® sluggesting that parents experience
this only to a moderate extent, and a lack of @asimp orientation on the part of services is
evident in mothers’ narratives in Stage Two withtiness’ reporting that their experience and
expertise in the care of their child is frequenthder-valued or ignored by service providers.

This perception is supported by the panel’s faitoragree on aspects of partnership with
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parents, and the ambivalence of the panel rel&tigervices perceptions of parents in

general.

Despite these difficulties, mothers’ perceptionseaivices were not routinely negative in this
study. In both stages of Phase One mothers conysigentified factors that they felt

worked well for their children and themselves.He guantitative round mothers rated the
relationship / attitudes of staff as the highestifpee factor in current services, closely
followed by a named charity service available ®irtchild and themselves. Both of these
factors were re-iterated in interviews where mahveere anxious to point out the caring,
sympathetic and supportive health-professionalg llael encountered. Despite the
significant difficulties and challenges that mothezported and described they rated
themselves as “fairly satisfied” with the servibey receive overall. While it is possible that
the provision of care is sufficiently burdensoneg ghat mothers are so overwhelmed, and
subsequently so relieved to obtain any servicestasgie that they are satisfied with whatever
they get, mothers’ stories suggest that these ¢genboverwhelming burden are episodic and
mostly related to changes in the child’s conditibappears more likely that individual
services work well once they are received; it &sphocess of obtaining and integrating
services rather than the quality of services th#tié cause of difficulty. This would account
for mothers’ perceptions of being satisfied witHiindual services but simultaneously
reporting that services are difficult to access laic#t integration and coordination. There is

strong support for this explanation in mothersraaves of just getting on with it.

This concept of individual services working wellcerthey are received is supported by
mothers’ experiences of respite services. Respite was identified by some parents in Stage
One as a service that worked well for their chitdd &amily, and yet was also identified by an
almost equal number of parents in the same stagesasvice they considered necessary for
improving their family situation. This suggeststthespite care is an essential component of
family support for families of young children wilife-limiting neurodevelopmental

disabilities and their families. It also suggesisquitable provision of this service, and
supports the reported inconsistencies and percanegghality of service provision to this
population of children and their families. Inegbitaprovision of respite services may result
in some families having easy access to appropeatgte for their child, while other families

are unable to access the same service. This exiplamasupported by parents’ experiences
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of home-support services in Phase One where eleveamts identified respite as a factor that
works well for their child and family while eighdentified it as a factor they considered

necessary to improve services.

8.5 Divergent Opinions between Parents and Service
Providers
There were several areas of divergence betweesxfieriences of parents and the

perceptions of service providers in the study. €retated to differences of opinion between
the two groups about the integration and coordinatif services, and on the changes to

current services required to improve the care andces families receive.

While the expert panel did not agree that thepo coordination and integration of
services this was not parents’ experiences sengage. Parents’ reported fragmentation at
all levels of service provision: between differdigciplines in the services, between acute

and community based services, and between diffaggricies working in the community.

There were also differences of opinion betweenmiarand expert service providers with
regards to the factors necessary to improve thacesrdelivered to children and their
families. Parents’ requirements were essentiadgmatic, and their suggestions were
principally focused on the practical things thatagdomake life easier for the child and the
family. Their main concerns were improving the fregcy and ease of access to the
mainstream services that are already availablegtidollowed by having a single source of
information and support. Accessing information \wansistent challenge for mothers in
this study yet having a single source of informafior parents was ranked only tenth is
potential to improve services to this populatiortliidren and their families by the expert

panel.

Similarly while parents’ identified the need foegter in-home support and respite services
to ameliorate their difficulties, improved respiéeilities was ranked only ninth by the expert
panel in terms of its potential to improve servjasl improved in-home support was not
identified at all. This is despite the fact that ffanel acknowledged both of these to be

deficient in current services.
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These divergent views demonstrate a significantgdween the opinions of service
providers and the experiences of service usersdiffegences suggest that service providers
underestimate the fragmentation of services, aedestimate the way in which the many
disparate services involved in the care of theddrem and their families join-up to form a
cohesive system of care provision. Although paretgstify many factors that are deficient
or defunct in the care they receive, the factoey firopose as most necessary to improve
care and services are primarily concerned withuess required to alleviate the practical
difficulties they encounter day-to-day. Alternativéhe factors identified by service

providers as most necessary to improve care anatssito this population of children and
their families are focused more on improving thecess of service delivery rather than on

the provision practical resources.

8.6 Conclusion
This chapter has presented the integrated findnogs the study as a whole. Convergent and

divergent views have been presented. Parents’ ittare and qualitative data are generally
consistent, and while there were many areas ofisteney between the opinions of parents
as service users and the opinions of the expe#l pduservices providers there were also
some divergent views. Principally these are rel&tdad/o areas: the manner in which
services function to deliver care to young childwath life-limiting neurodevelopmental
disabilities and their families; and the importaaf®rded to factors that need to be
addressed in order to improve these services atel Ioeeet the needs of these children and

their families. These findings will be discussedietail in the following chapter.
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Chapter 9: Discussion of Findings

"There is always an easy solution to every humablpm--neat, plausible, and wrong."
H. L. Mencken
The Devine Afflatu§917

9.1 Introduction
This chapter discusses the findings of this st@bngruent with the use of a mixed methods

design the discussion will focus on the integrdiiedings rather than the individual findings
from the study’s separate phases. As in the prevtbapter, the discussion is sequenced in
accordance with the study’s objectives and resegueltions. Consequently the chapter
begins with a discussion of findings related toytbang child with a life-limiting
neurodevelopmental disability, their palliative €eaeeds, and the nature of the care they
require. This is followed by a discussion of thevauat of providing care on families. Finally
the findings related to service provision for thebédren and their families are discussed.
The relevance of the findings to the theoreticaifework used to underpin the study is
discussed, and the chapter concludes with a discussthe overall strengths and limitations
of the study.

9.2 Young Children with Life-Limiting

Neurodevelopmental Disabilities and their Palliativ = e

Care Needs

This section discusses the findings of this stindy telate specifically to the young children

in the sample and their palliative care needs.

9.2.1 Morbidity Experienced by Young Children with Life-
Limiting Neurodevelopmental Disabilities
The children in this study suffered considerablebitbty associated with their condition. A

wide range of physical problems were reported aadynthildren were reliant on some form
of medical technology to sustain them day-to-dagtidrs described complex medical

routines that needed to be performed on a rounditek basis. There is relatively little
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literature exploring the specific morbidity expered by young children with life-limiting
neurodevelopmental disabilities, although the symmpprofile of the children in this study is
similar to that described by Lentenal (2001) for children with a wide range of life-linmg
conditions. These similarities would appear to supa non-categorical approach to
exploring the needs of children with life-limitimpnditions, at least in terms of the physical

morbidity associated with the children’s conditions

9.2.2 Requirement for Specialist Palliative Care Se  rvices
Despite experiencing a considerable number of iddal and sometimes complex problems,

mothers’ reported relatively good symptom contrad amanagement in this sample of
children. This finding raises questions about thescstent calls for access to specialist
palliative care services for this group of child{(&CT, 2003, 2009; Redmond & Richardson,
2003; Carter & Levetown, 2004; Brook & Hain, 2008pecialist palliative care services are
primarily focused on the provision of disease eatment related symptom control
(DOH&C, 2001; Sepulveda, 2002) albeit with a hatisbcus. The fact that symptom control
was not identified by parents as a problem inghisly would suggest that specialist
palliative care may in fact not be routinely indafor this group of children. The cross-
sectional nature of this study makes this a tergdinding however, and it is possible, as
suggested by Carter and Levetown (2004) and Bradik#ain (2008), that oscillations in the
child’s condition makes the timing of palliativereaifficult to establish. However many of
the young children in this study had had numerand,often prolonged, episodes of
hospitalisation, and although mothers identifiechyndifficulties associated with these, the
issue of poorly controlled symptoms or unnecessaffering did not arise even in this
context. The fact that two of the children in tlaenple were already in receipt of specialist
palliative care, one for the management of comphar, suggests that children who are
identified as needing specialist palliative came r@ferred to such services. The second
family in receipt of specialist palliative caredees in this sample were referred in the
absence of complex symptoms, and could not seelivéance of this service to their child.
Early referral for this mother was an additionalgm of distress as she believed the service
had little to offer the child and conflicted withet family’s own goals of care.
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Calls for specialist palliative care services fastpopulation as a whole are based upon the
assumption that the service is relevant to alldckit by virtue of an uncertain or limited
prognosis. Indeed Carter and Levetown (2004) sudbasthe obvious answer to the issue of
which children need palliative care services ig dmasldren who “will die” or “are dying”

need proposing that palliative care is offered witéas been acknowledged that the child’s
illness is likely to ultimately cause death. Withexplanation or commentary on the
complexity of the symptoms experienced, RedmondRindardson (2003) suggest that it is
surprising that none of the children with complex &ife-limiting disabilities in their study
were referred to palliative care services. Thistmysappears to devalue, or underestimate,
the efficacy of the services that this group ofdiign currently receive. Mothers considered
their child’s symptom control to be good, and theere no calls for additional specialist
services to improve the child’s care or conditimstead mothers’ consistently called for
more main stream services and better in-home supeorices. In this context it would
appear that the vast majority of young childrerhifie-limiting neurodevelopmental
disabilities may be better served by improving entrmainstream services than by
developing and introducing costly additional spkstigervices. This may account for the
apparent lack of agreement amongst the expert De#ptel with regards to the provision of
palliative care to this population of children. Whihe panel agreed that referrals to specialist
palliative care services are generally made lateerchild’s condition they did not agree that
medical teams fail to recognise the palliative rsegfthe child.

Lentonet al (2004) also questions the need for palliative éarehildren with life-long
complex needs. They suggest that while the aspiraibf palliative care are to offer
symptom control, emotional support and practic$ e the child and family, these
aspirations are really no different to those of ynarofessionals working with such children
day-to-day, proposing that addressing these néwnlddsbe part of mainstream care. This
position is supported by a study by Horroeksl (2002) who provide a description of 18
children referred to a newly developed speciakdligtive care service for children with
genetic, metabolic and degenerative diseasesifefbnhiting nature and their families in the
U.K. The children in the sample ranged from fiventins to seventeen years. The study did
not assess individual problems experienced byhiid however seven children were rated
by their parents as being “very” or “extremely”utwed on referral to the service. Horrocks

et al (2002) report that perceived problems were asifratly due to emotional or practical
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care needs as due directly to the children’s’ gtajsliness, but no further description is
provided beyond this. What is most interesting altiois study is the fact that overall distress
rating was only slightly reduced 6 months afterititervention with five parents now rating
their child as “very” or “extremely” troubled, amdthough information and nursing care
needs appeared to be improved amongst the groepdifficulties such as problems with
equipment and respite needs were not improved.Wdusd appear to suggest that these
children and their families require most are betgrices and a more holistic model of

service support addressing the impact of socialpsydhological stress on the family.

While it may legitimately be argued that thesedreih and their families require a palliative
approach to care in the context of a focus on tuaftlife for the individual and the family,
the basic elements of this approach has been washelgrsed in the general field of
intellectual disability, where increasingly the stmict of family quality-of-life is being used
to consider issues of family needs (Broetral, 2003; Summerst al, 2005; Browret al,

2009; Werneet al, 2009). Parlet al (2003:368) defines family quality-of-life as “catidns
where the family’s needs are met, and family meskeajoy their life together as a family
and have a chance to do things that are imporathein”. As contrasted with individual
quality of life, family quality of life addresselsd impact of individual quality of life on the
family, consequently the concept of family quabfylife focuses on family-orientated
outcomes. Postoet al (2003) suggests a domain structure with two pétysdomains with

an individual orientation which occur at the indival level and represent the idiosyncratic
ways in which quality of life of individual membeirapact on the quality of life of other
members and the family as a whole; and (2) domaitisa family orientation which provide
a context in which individual family members liveetr lives collectively as a family unit. In
this respect the family quality of life approaclcansistent with the systems theories that
underpin much of family nursing (Freidmatal, 2003; Rowe-Haakineet al, 2010). This
approach focuses simultaneously on both the chitbtlae family. It would appear that such
an approach has a lot to offer families of younidpcan with life-limiting
neurodevelopmental disabilities particularly if iéies receive a comprehensive, coordinated
approach to care aimed to bolster the family’sngjties and capacity to cope. Although this
family orientation is consistent with a childreipalliative care approach, the findings of this
study suggest that it matters little which senpeevides it, so long as it is effective. What is

important is that families have their needs asskss®l receive appropriate and sufficient
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support so that they are able to deliver the daetheir child needs, and that the agencies
involved work together so that this support isvkied in a way that is meaningful for both
the child and the family.

9.3.2 The Care Required by Young Children with Life  -Limiting
Neurodevelopmental Disabilities
The move towards primary care has meant that miealchtechnical work, once provided by

trained health care professionals, in now providgfamilies at home. The impact of this
health care reform on families is significant, @ne shift of responsibility for care to family
members has produced a spectrum of issues thaindgosgchological, ethical, social,
financial and policy solutions (Schachter & Hollad®95). McKeever and Millai2004)
suggests that contemporary community health andlstare provision requires mothers of
children with chronic illnesses or disability tocgd, and adapt to, an unfamiliar and
relatively low-status position of skilled, unpaidrpprofessional in fields in which most
mothers engage only intermittently. Dalley (1996y@ests that mothers who provide such
labour intensive and medically sophisticated carpaat of their normal mothering form part
of a reserve army of care providers who are unremaied and under-acknowledged.

In terms of the nature of the work involved in agrfor a young child with a life-limiting
neurodevelopmental disability, the findings of thlisdy are consistent with previous
research. Brett (2002) suggests that the extraanglmctivities and engagement of these
mothers transforms the mothering role experiengetthd majority of women with typically
developing children. The complexity and naturehef tare-work described by mothers in
this study is similar to that reported in previsasearch involving children dependent on
technology (O'Brien, 2001; Heatat al, 2005), children with life-limiting and life-
threatening conditions (Quiret al, 2005; Steele & Davies, 2006; Manaseri, 2008; Extm)l
2009), young children with complex life-limiting medevelopmental disabilities (Redmond
& Richardson, 2003) and children with complex ne@disholl, 2008). The consistency of
these findings would, again, appear to supportragadegorical approach to exploring the
needs of these children, however the unrelentingreaf the work, the complexity of the
care required, and the need to be constantly ahertigilant for changes in the child’s

condition is not reported in children’s disabiliiterature. This sets these children apart from
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the group of children with general disabilitiesdamould suggest that in terms of the labour
involved, the care of young children with life-liimg neurodevelopmental disabilities is
more closely aligned to that required by childrathwife-limiting conditions and complex
medical needs than to the general groups of childith disabilities. The added dimension
of mothers’ reports that the complexity and intgnef the child’s care requirements makes
obtaining outside help difficult in consistent witports for children with complex
healthcare needs Yan#i al,2006; Nicholl, 2008, Ouelette, 2009), but agailaigely
lacking in children’s disability literature.

An additional feature of this care-work for yourtgldren in this study was the fact that it
was continuous 24-hours a day. Mothers reportednrent regimes that often needed to be
implemented overnight, and even when no specifezrmght interventions were required
mothers reported sleep disruption associated wémeed for constant vigilance and
observation of the child. Sleep disruption is comprand often persistent, amongst children
with disabilities (Lancionet al, 1999; Wiggs, 2001; Diddens & Sigafoos, 2001; Retal,
2002; Coururieet al, 2005) and is generally classified as being aasediwith either
behavioural or physical problems. A third type lelep disturbance, similar to mothers’
reports in this study, has been reported in stunfiéschnology-dependent children and is
associated with the administration of treatmentagament of technology and attention to
alarms (Townsley & Robinson, 1999; Heatdral, 2005; Heatort al 2006). Mothers
descriptions of sleep disturbance, and in somaimgss chronic sleep deprivation,
emphasises the need to address this as a serahismr This is supported by the fact that
sleeping difficulties was the only child-relateadblem significantly associated with negative
family impact score in Stage One of this studyhaiigh chronic fatigue and parental
exhaustion is reported in the literature associatiéial caring for children with life-limiting
conditions the impact of this has not been explorivever, the cost and shortage of trained
individuals, especially at night, is likely to néigaly impact on this important support

service for families (Chaguturu & Vallabhaneni, 20Bleatoret al, 2005).

Meltzer and Mindell (2006) report that sleep inegavers of children with chronic illnesses,
particularly children assisted by technology, gn#ficantly disrupted resulting in chronic
partial sleep deprivation due to the level of dtnand care required by their children.

Meltzer, Boroughs and Downes (2010) report thaggigers of technology-dependent
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children in their study with limited or no nightrsing coverage were not only sleeping about
one hour less than caregivers with night nursingy tvere averaging six or less hours of
sleep per night, the critical limit for daytime figmance (Dingest al, 2005). This study

also reports an inverse relationship between tta¢ tomber of nursing hours and the
number of urgent care visits for children. The ietpzf fatigue on areas of general
performance and functioning, in areas other thaargang, are well documented where it has
been linked to poor concentration, planning andsi@e-making difficulties (Hockewt al,
2000; van der Lindeat al 2003a, Torres-Harding & Jason, 2005; Nilsebal, 2005). The
lack of appropriate respite described by mothethigstudy, especially at night, may have
negative effects not only on the mother but alstb@nability to care for her child. Aday and
Wegener (1988) report that, in terms of daytimecfioming, caregivers who received less
than 32 hours of nursing care per week reportectrfealings of overburden and social
isolation. While Van Dongen et al (2003) have idfesd that after 18 hours of cumulative
wakefulness, significant performance declines amghirment of executive functioning
abilities such as decision-making and flexible king occur. It is likely that this adds to the
stress experienced by mothers of young childreh lifé@-limiting neurodevelopmental
disabilities where complex care and complex dexigi@king is an intrinsic feature of the

ever-day care provided to their child.

Although this study did not attempt to quantify therk involved in caring for a young child
with a life-limiting neurodevelopmental disability,is obvious from mothers’ narratives that
this is considerable, consistent, and multi-dimemasi. Consistent with previous studies
mothers provided intensive, highly skilled, and pbew health care to their child as part of
everyday nurturance. In order to achieve this tiey developed a variety of often complex
skills related to the care of their child. Theseuded sophisticated technical and procedural
skills, skills of assessment, intervention and ea&abn, organisational and planning skills,
and advocacy skills. Despite the complex and highkilfed care required by the children in
this study, many mothers reported that they didfeeltthat they were given sufficient time
or training to allow them to feel confident and able with regards to this aspect of their
child’s care prior to their discharge from hospitétlly et al (2008) suggest that the
transition to optimal home care is more likely txor if the child’s complex needs are

organised, the family is trained, adequate managemsources are in place, and the
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intensity of care coordination needs are reducdteMimeasure against this standard it is

obvious that this was not achieved for the famiirethis study.

Many studies describe the complexity of the leagr@arve for parents when a child with
complex needs is discharged from hospital (O’'BrigdQ)1, Alexandeet al, 2002, 2005;

Steel & Davies, 2005; Quingt al, 2005). Harrigaret al (2002) proposes that meticulous
training for discharge is an essential elementuaidity of care for all families carting for a
medically fragile child. Despite this, studies dstently show that discharge training for
parents is often overlooked, and that parents’mpsion of the responsibility for highly
complex or technological care is not openly negetavith health professionals (Kirk, 2001,
Kirk & Glendinning, 2004; Margolaet al, 2004; Nicholl, 2008).

9.4 Families of Young Children with Life-Limiting

Neurodevelopmental Disabilities
Reviews conclude that these families caring foldebh with complex disabilities are

physically, emotionally, socially and financiallyessed, anxious about their child’s
condition, and fearful of potential complicationslgpotential emergency situations that may
occur both inside and outside of the home (Harregaad, 2002; Ratliffeet al, 2002; Wang &
Barnard, 2004; Nicholl, 2008). In this respectfiheings of this study are consistent with
previous research exploring the family impact afuding care to children with life-limiting
or life-threatening illnesses. Consistent with poes research the findings demonstrate that
providing home-care for young children with lifeniiting disabilities has impacts far beyond
the child and the care they require. The findingpleasise the negative impact that the
child’s key illness demands can have on the famaitygl the positive impact that families can

have on illness management.

9.4.1 Managing Family Life Day-to-Day

For mothers in this study the most important sgyafer managing family life day-to-day

was developing and adhering to a strict routines Was critical to ensuring that the needs of
all family members were attended to, and to esthldisense of stability which allowed the

family to continue to function effectively. The riseof the child took precedence over all
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other aspects of family life and was the fulcrurowsd which family life pivoted. There was

no spontaneity in family life for the families ihi$ study. The care requirements of the child
and unpredictable nature of the child’s conditiecessitated that all elements of day-to-day
life needed to be planned in advance so that tbessary resources (medical, technical and

personnel) would be available.

This strategy appears to conflict with traditiotteories of family normalisation in chronic
childhood illnesses. Knafl and Deatrick (1986) ltid foundation for most of the work on
normalisation in nursing literature. More recenfbllowing a comprehensive review this
was revised to include the following critical copt® acknowledging the condition and its
potential threats to lifestyle; adopting a “nornyaliens” for defining the child and family;
engaging in parenting behaviours that are congistgh the normalcy lens; developing a
treatment regime that is consistent with the nocgnlans; interacting with others based on a
view that the child and family is normal (Knafl &atrick, 2002). Deatrickt al (1999) note
that normalisation is both a cognitive (definingpdbehavioural (managing) strategy for
parents, with the awareness of the difference batvieeir own situation and the “normal”
reference group forming the basis of the concept.al of these features were evident in
mothers’ narratives in this study. Knafl and Dezti(2002) suggest that families who focus
on the normalcy of their situation typically adeptiexible approach to carrying out the
treatment regime, one that emphasises incorportdtsdiness into the usual routines of the
family and child. However the inverse appearedetdhie case in this study. Rather than
incorporating care into the usual family routingsrmal” family life appeared to be
redefined in the context of the child’s treatmesgimes and needs. It may be that since much
of the research on normalisation has been conductée context of chronic childhood
illness this context does not necessarily fit wita situation of families of young children
with life-limiting neurodevelopmental disabilitie€hronic childhood illness may have been
more stable over time, and possibly did not invahetype of complex daily treatment
regimes that the children in this study requirecaatay-to-day basis. In addition, the
consequences of adapting the child’s treatmentregnay not have had the same potentially
catastrophic consequences for children with maielstchronic conditions. A further point
of departure with traditional theories of chronigldhood illness is that mothers in this study
did not interact with others based on a view ofdhiéd and family as normal. This would

have been impossible in the context of motherstigasons of how their “difference” was
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often reinforced in social situations and intem@tsi with others. This left mothers in the
position of acknowledging their family as differdram the norm reference group, but

accepting that the situation was “normal for us”.

Alternatively, in the context of childhood cancenbinson (1993) and Clarke-Steffen (1997)
describes a strategy of normalisation whereby nistbenstruct and live a story of “life as
normal”’. These researchers describe a process mherethers effectivelgonstructed a

new concept of normal, characterised by a newmeuso that instead of the treatment
regimes being accommodated and manipulated intexisting normal family life, normal
family life was manipulated to accommodate thettnest regime and care requirements of
the child.This concept, in which families individualised amadified the meaning and role
of normal activities to fit the particular circurastes and uncertainties of their own lives,
better fits the strategies described by mothetsigstudy. Rehm and Bradley (2005)
describe a similar strategy employed by mothexchdéiren who are medically fragile /
technology dependent and developmentally delayk. Would appear to suggest that for
many families normalisation and feeling or actimgmal is not necessarily an all-or-nothing
phenomenon, and that the concept is not concreteéy be applied differently in particular
family contexts. It also suggest that the procéssomalisation for families of young-
children with life-limiting neurodevelopmental dishties more closely resembles that
described for families of children with life-threaing conditions and technology-
dependence, rather than families of children witfonic conditions or the general group of

children with disabilities.

This is supported by the similarities between mighe this study and those of children with
cancer in Clarke-Steffen’s (1997) study. Clarkeff8te(1997) describes an engagement
process which includemianaging the therapeutic regime, reorganizing yeesluating and
shifting priorities, and assigning meaning to trsgiwation. All of these features were evident
in mothers’ narratives. However, mothers in thislgtdemonstrated an additional feature of
the normalisation process whereby they attempteeindorce their perception of normality
through peer support. This involved actively segloat and engaging with families similar
to their own thus bolstering the perception thatrtfamily life was not unique and that there
were other families like theirs. This strategy hasbeen reported in previous studies of

childhood chronic or life-threatening iliness.
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9.3.4 Living with Uncertainty
The concepts of uncertainty and unpredictabiliynh@d large over mothers’ descriptions of

family life in this study. Although it appearedvary in magnitude, intensity and saliency

depending upon the child’s condition, living undenditions of sustained uncertainty was
part of the tapestry of everyday life for familieshis study. It was pervasive and stressful
for mothers, one of whom described it as the midtwlt element of the care of their child.

Uncertainty has increasingly been identified agvgwortant construct in the clinical and
empirical literature on families' responses to@esiand chronic childhood illnesses.
Mishel’s original Uncertainty in lllness Theory [Ul (Mishel, 1988) indicated how
individuals (adults) appraise illness-related stirnaicreate meaning in iliness. lliness
uncertainty is defined as “a cognitive experienagted in situations in which the meaning
of the illness related events is unclear and ougsoane unpredictable” (Mishel, 1990:258)
and is comprised of four components including essef ambiguity concerning the state of
the illness, complexity regarding treatment, latknéormation regarding the seriousness of
the illness and its prognosis, and perceived ungtaddlity of the illness course (Mishel,
1984). Uncertainty surrounding the nature (sympjcemnsi course (prognosis) of a child’s
chronic condition has been identified as a majassor that influences family stress, the
structure and functioning of the family system, gadental psychological and physical
morbidity (Patternson & Garwick, 1994; Rolland, 49€ohen, 1993, 1995; Stewart &
Mishel, 2000, Dodgsoat al, 2000; Garwiclet al, 2002; Santacroce, 2003; Hokhal,

2008). It has been reported that the degree ofrtaisy associated with unpredictable
symptoms in a cohort of young children with chralifee-limiting conditions caused more
family distress than the degree of uncertaintyhefchild’s life-expectancy (Dodgse al,
2000).

In her theory of managing sustained uncertainthitdhood chronic life-threatening illness
Cohen (1993, 1995) suggests that the diagnosisbil@ghood chronic life-threatening
condition causes parents assumptive, taken-fortgglamorld to abruptly cease to exist. In
this context Cohen (1993:83) proposes that parante from “the secure world of the
known, the familiar and the predictable to a nosal&orld of ambiguous boundaries,
unclear rules, probabilistic predictions, and $eripossibilities”. Cohen (1993) suggests that

the management of uncertainty in this situatiorines developing strategies to manipulate
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the known, the unknown and the unknowable, whepalsgnts manage six interactive
dimensions of daily life: time, social interactionformation, awareness, illness and the
environment. Many of these strategies were evigemothers’ descriptions of managing
family life in this study. However Cohen’s (1993)sttription of managing the time
dimension of sustained uncertainty did not fit witlothers reports in this study. Cohen
(1993) suggests that for parents of children witroaic life-limiting childhood illnesses
thinking about the future is to fight the threatla@ds. Thus she suggests, parents are virtually
tied to the present and very proximate future, psopg that parents come to realise that by
adopting a one-day-at-a-time philosophy, and livinghortened time units, the perception of
uncertainty can be reduced. This particular stsategmanaging sustained uncertainty was
not apparent in this study, for although mothersamery focused on the day-to-day
management of the child’s care and needs, theyfl@gaently expressed fears and anxieties
related to future issues. These were generallycagsd with potential service reductions or
withdrawals, or worry about what would become @ ¢hild in the future. This represented a
significant departure from Cohen’s (1993) theorpcertainty, as experienced by mothers in
this study, had an extra dimension. It includedardy uncertainty associated with the
child’s condition itself, but also uncertainty abdie future availability and reliability of
support services to assist families to meet thelds ongoing care requirements. It is
possible that since most of the families in Coh¢h393) study were caring for a child with
cancer the issue of service reduction or withdramaed an unlikely worry for these families.
There was also the possibility that these childvenld make a full recovery. Families in this
study did not enjoy the assurance that the sertimgsrequired would be available in the
longer term, nor was it likely that their need $arvices would reduce over the course of the

child’s condition.

Cohen (1995) later investigated the triggers ofjhined uncertainty in chronic life-
threatening childhood illness and reported sevemaonly occurring events which
heightened parents’ awareness of the uncertaimtyaariety concerning their child’s
condition and survival. These included medical appeents, bodily variability, keywords
and provocative questions, changes in the thergpegime, evidence of negative outcomes,
new developmental demands and nighttime. It igésténg that none of these triggers were
present in mothers’ narratives in this study. SdeM@ohen (1995) proposes that uncertainty

ebbs and follows and can be heightened by triggeoshers in this study demonstrated a
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more pervasive and unrelenting form of uncertaiwtyich like parents in the study by
Dodgsoret al (2000) was associated more with erratic and unptaole changes in the
child’s condition than with the child’s overall gosis, augmented with the worry that the
services and supports they required to assist theheir caring role may not always be

available to them.

9.4.4 Social Consequences for the Family
Disrupted social functioning and increased isotatloe to caregiving responsibilities had

been reported in many studies of families of cleitdwith life-limiting conditions and
complex needs (Carnevaéal, 2006; Montagnino & Mauricio, 2004; Wang & Barnard
2004). Rehm and Bradley (2005b) suggest that famdf children who are developmentally
delayed and medically fragile search for safety @mufort in social situations. They propose
that this involves seeking social and physical emrments and interactions that assure the
physical and emotional safety and comfort of thi&dcdnd the other family members.
Achieving this was very difficult for mothers inishstudy, with mothers’ describing social
barriers that could be classified as environmentald / care related, and attitudinal. As a

consequence social opportunities for all family rbens were severely limited.

Postoret al(2003) suggest that social well-being includesrdams of social acceptance,
social relationships and social support. Rehm amadilBy (2005b) use the term social
consequences to indicate outcomes related to tliy alb families to engage in relationships
with people outside of close family and to part&tgin recreational activities. Several
factors have been identified as causing negatigialsoconsequences for families of children
with complex conditions or technology dependendesE include the difficulty of finding
competent, skilled respite caregivers and the Girmstrains that complex chronic or life-
limiting conditions impose on the family (Kirk & &hdinning, 2004; O’Brien, 2001; Ratliffe
et al 2002; Wang & Barnard, 2004). O’'Brien (2001) sugjgehat the time consuming
demands of the child’s care and a focus on intnaitial needs results families experiencing
social isolation as it impairs social relationshégpsl opportunities for socialisation with
friends. Postoet al (2003) mentioned the discomfort of friends of fanmembers regarding
a child with a disability, while Kirk and Glendimg (2004) cite the heavy and cumbersome

equipment that children need, the requirementtiomenome from activities to start
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overnight therapies, and the reactions of othecate procedures as impediments to family
socialisation. All of these features were evidentiothers’ reports in this study, with
mothers’ reporting social opportunities limitedthy complex care and treatment regimes
required by the child, the lack of understandind sometimes embarrassment they
encountered in social interactions with friends] #re perception of the child as a social

curiosity when out and about in general.

9.5 Services for Young Children with Life-Limiting

Neurodevelopmental Disabilities and their Families
In a series of reviews of children who are medychiligile or technology dependent Harrigan

et al (2002), Ratliffeet al (2002), and Wang and Barnard (2004) concludeféimailies need
extensive, continuous services including emotisnglport and skilled supportive and respite
care. Families’ perceptions of the supports andses provided to them has been identified
as a critical factor that influences family qualitiylife (Feldman & Werner, 2002; Summers
et al, 2007; Werneet al, 2009). These services and supports should bdtlteethe negative
effects produced by the difficulties if the sitwetti(Summergt al 2005) and strengthen the
positive effects through interventions favouringnfly autonomy and empowerment (Soresi
et al, 2007). Ultimately it is the effects that suchveges and supports have on children and

families that determine the quality and effectiv@nef any service or programme.

Current health policy actively promotes primaryector children with life-limiting
neurodevelopmental disabilities regardless of #westy of their condition, or the social,
economic or cultural circumstances of the familypf@&C, 2005, 2010). Consequently, at
the very least, service delivery should ensurefdratlies are not traumatised by the process
of providing care for these children. Consistentigthers in this study referred to the stress
and exhaustion caused by the perceived necesdightdor services, cope with humiliating
or disrespectful beurecracy and regulations, ahdratise deal with their relationships with

professionals.
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9.5.1 The Efficacy of Current Services

Mothers in this study differentiated between hadgiased services, which were accessed
episodically, and the community based services émepuntered day-to-day in the care of
their child. Particular difficulties were encourgdrin the hospital context which have been
described in Chapter Six, this section discussesdimmon and general difficulties that
families experienced in relation to the servicesrtbhildren received. It is also important to
state that mothers reported that they were “fadtysfied” with the individual services that
they received, and the personnel they encountarttese services, when they finally
managed to access a service. Accessing servicesovasbinary outcome. It was not a
guestion of children receiving services or nottdad there appeared to be a variety of
potential challenges that parents encountered ia$sdavith the process of obtaining and

keeping the services that are needed.

The principal difficulty encountered by mothers vimsiccessing services in the first place.
Mothers’ reported that this was due to a combimatibfactors including lack of essential
services, inconsistent service provision, inequétaervice provision and resource allocation,
and lack of information about services. Serviceviglers agreed that these difficulties are
commonly encountered by this population of childaex their families. In addition to the
problems of insufficient, under-funded and undeereced services, mothers’ also identified
several areas of process deficiencies and inefitaés relative to the services they received.
These included service integration and coordinatontinuity, and relationships with health

professionals.

9.5.2 Service Integration and Coordination
The children in this study received care from a benof different services and agencies. It

would appear that when families receive care frorargety of sources, connecting that care
into a smooth trajectory becomes increasingly ciffi Mothers’ described tendency for
programmes, agencies, even disciplines to fundatiasolation. The consequences of this
were that they experienced service fragmentationirefficiencies and a perceived failure to
see the needs of the child in a holistic way, algioservices providers did not concur with

this opinion.
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The World Health Organisation (2008) identifiesefiommon failings of health care systems
which policy makers should be aiming to addressoAgst these are the problems of
fragmented and fragmenting care with no coordinafgaroach and a lack of continuity of
care. Almost two decades before this the Departmiedealth and Children (2001b)
identified several weaknesses in the Irish heaittesn including inadequate linkages
between services and fragmentation of servig&sough Irish health policy reports
consistently urge a concerted effort to avoid fragtation and enhance continuity of care
(DOH&C 2001a, 2001b; DOH&C, 2004b) it would app#zat such efforts have largely been

ineffective.

It may be that efforts to formulate solutions haaeen hampered by a lack of consensus in
the literature about the meaning of the terms ‘isergoordination” and “service integration”
with poorly defined terms that are often used ttiangeably. Park and Turnbull (2003)
suggest that service coordination has been viewedsgstematic process for assisting
families in obtaining the services and resourcey tieed, while service integration, a more
recently introduced term, is essentially an ext@msif this concept. They propose that
service integration relates to a systematic effofrovide appropriate and harmonized
service to young children and their families basedaollaborative partnerships between
families and professionals, among professionalsaamaing agencies that are formed in the
process of enhancing child and family outcomeserAktively King and Meyer (2006)
proposed that service coordination and integraai@ndistinct but related concepts. These
authors suggest that service coordination is eisdlgrda clinical function that brings different
services into a efficient relationship for a givfamily, while service integration deals with

the organisational perspective and relates to fomstand activities aimed at the formation of
a comprehensive range of services in a geograpduiealwhere the intent is to enhance the
effectiveness of service delivery. It would appiat both were problematic in this study.
Regardless of the different conceptual analysiseti'eagreement that the goals of both are to
enhance the likelihood that families perceive ¢aree easy to access, seamless and tailored
to their needs (Park & Turnbull, 2003; King & Mey2006). While mtegration does not
automatically improve services, it can be a faatdit of improved quality if it is used to

deliver services in a more ‘useful’ way (DOH&C, 2m).
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Siaet al (2004) advise that delays, gaps, duplication affdséd responsibilities which
characterize fragmented care are expensive, ir@ftiand sometimes hazardous to health.
Coordinated care has been proposed as a soluttbistproblem (Alexandest al, 2004;
Hefener, 2010). Coordinated care is defined asngmgatients and families to services and
resources across many subsystems of the healttuaman service fields (Gupé al, 2004).
However Alexandeet al (2005) identify several barriers to coordinatececamcountered by
children with complex health care needs includatack of knowledge and information
about community resources; a lack of communicatimong health care professionals and
organisations involved in the child’s care; andeklof clearly defined roles for each of the
agencies involved in the child’s care. Many of thémsatures were evident in mothers and

service provider’s accounts in this study.

The majority of mothers reported experiences gjrfranted services, with several factors
identified as contributing to this experiend&e most obvious of these related to access and
information difficulties. This appeared to be mogtrked in the context of community based
services where mothers reported considerable difiks associated with accessing both
information about services and indeed services $kéras. A second major contributing
factor to mothers’ experiences of fragmented celisged to the acute care / primary care
interface. This has been widely reported in previstuidies exploring parents’ experiences of
caring for children with life-limiting conditionsr&complex needs (Margolaat al, 2004;

Kirk & Glendinning, 2004; Quinmet al, 2005). In this study this resulted in mothersibei
discharged from hospital unprepared and unsuppaatetioften without the support of
available community based services. It is likelyeg the opinion of services providers, that
hospital personnel’s lack of knowledge of locala#able community based services, and
poor communication between acute and communityicesycontributed to this

fragmentation.

9.5.3 Continuity of Care
Parents in this study also reported difficultiescasated with continuity of care for their

children. Although Rei@t al (2002) suggest that continuity of care means wiffethings to
different caregivers, and definitions are oftenspraed rather than stated, there appeared to

be two principal components of continuity that weoasidered deficient by parents in this
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study. The first of these related to continuityst#ff and relationships. Relational continuity
was explicitly stated as a factor that did not wavedl in current services by parents in stage
one’s survey. Parents’ follow-up interviews suggddhat relational continuity was
important for several reasons: in facilitating astmng relationship; allowing the professional
to get to “know” the child, which mothers considgmnportant for the provision of holistic

care; and in facilitating a more equal partnergi@fween the mother and the professional.

Continuity of relationships has been found to bpanant in previous studies of parents of
children with life-limiting conditions (Kirk & Gledinning, 2004; Heller & Solomon, 2005)
where it was equated to increased confidence dabewjuality of care delivered. Kirk and
Glendinning (2004) suggest thatrginuity in parent-professional relationships lisaied
relationships characterised by mutual recognitiorespective knowledge and expertise.
Heller and Solomon (2005) concur, concluding thoattimuity of care to this population of
children and their families encourages sharingkpeetise and informationChristakiset al
(2002) suggest that continuity of care is assodiati¢h service satisfaction in primary care
services for children. In addition to shared mutaadwledge where there was continuity of
relationships parents reported that they were tileely to feel respected and listened to
(Christakiset al, 2002).

The second issue related to continuity that motliescribed was associated with continuity
of information. Although not specifically identifien the stage one’s survey (parents did
however report communication difficulties), thissve consistent feature of mothers’
narratives, and was a cause of considerable ftisstrior mothers. It would also appear that
when service providers agreed that there was pmonwnication between acute and
community based services that poor continuity édrimation was the principal issue referred
to in this context. Reidt al (2002) suggest that the ways providers use andfea
information is critical to adapting care to meet tieeds of the individual, as it bridges
separate elements of care over time and is a pisiegfor coordinated care. Informational
continuity was problematic at all levels for mother this study. It occurred between
different disciplines in the same services, betwaarte and community based services, and

between different services working the community.

316



9.5.4 Parent-Professional Relationships
Dealing with health services and health profesdiasa@ an integral part of providing care to

their children; however mothers in this study dad anly report difficulties associated with
the integration and coordination of services. Taksp wanted service providers to listen to
them and respect what they had to say, treat thémcaurtesy, and respect their expertise in
the care of their child. Parents of children wheehdisabling conditions often define their
relationships to include the professionals who waitk their children (Chomicket al, 1995;
Seligman & Darling, 2007), subsequently profess®naed to recognise the importance of
interacting with families beyond the provision afettt services (Smith Stepanek, 2008).

The way in which professionals support children #rar families has the potential to
enhance or impede family outcomes (Dempsey & K2@a8) yet despite the family-centred
care philosophy that has been adopted, at leasiridedly, by most children’s services,
relationships with professionals were often diffidar mothers in this study. Mothers’
described what they perceived as a lack of emdtgugport, lack of empathy, and an
apparent failure to respect, or even acknowledgsy; expertise and experience. Mothers
perceived ambivalent position was supported byoghirion of the expert panel in relation to
the service providers’ perceptions of parents efngpchildren with life-limiting

neurodevelopmental disabilities.

For several decades family-professional partneisagpbeen recommended as a critical
feature of the delivery of effective services tdarten. A commitment to partnership practice
underpins all Irish health and child care policyhwseveral policy documents produced by
the Department of Health and Children advocaticgramitment to the principle of effective
partnership with parents (DOH&C, 1999, 1999a; 2@M2; 2004b). The DOH&C
(2004b:15) proposes a bi-dimensional concept dhpaship to include the relationship
between the service and families, and the relatiprsetween agencies and disciplines
engaged with a role in helping to meet the neediseofamily. With regard to the former,
they state that “effective partnership practiceoligs a commitment to the provision of
information, practical arrangements and emotionppsrt to parents engaged with services”.
The quality of parents’ partnerships with serviceviers is a critical element of their
overall quality of life (Blue-Banningt al, 2000), and is a crucial factor in the delivery of

services to achieve the best possible outcomeshftairen and their families (Park &
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Turnbull, 2003; McIntosh & Runciman, 2007). Reséaralicates that parents and
professionals alike define collaborative partngrskat least in part in terms of the quality of
their interpersonal relationships with each otf&mimerst al, 2001; Park & Turnbull,
2003). Based on data from 33 focus group interviemé 32 individual interviews with
parents and service providers Blue-Banrehgl (2004) propose six inter-related themes of
collaborative family-professional partnership ie tontext of childhood disability including
communication, commitment, equality, skills, trasd respect. Trust and respect were also
identified as core features of family-professiopaftnerships by parents of children with
disabilities in Feredagt afs study (2010). Parents highlighted that they aalifferent, but
equally valid, knowledge of the child, and wherstivas respected a trusting relationship

developed.

Kirk (2001) suggests that parental expertise incdre of a child requiring complex care can
transform the nature of the parent-professionatiaiship as well as the roles of the
professionals themselves. Previous research sggipastparents are often dissatisfied
because they do not feel that they are respectpdrasers who have parental expertise and
competence (Kirk, 2001; Balling & McCubbin, 2001sler, 2001; Kirk & Glendinning,
2004). While Taylor (2000) suggests that in hospitiae power ratio favours hospital staff
with parents disadvantaged as visitors in an udfangnvironment, Hewitt-Taylor (2005)
proposes that this situation is reversed in théexaof home-care. However changes in the
balance of power do not necessarily lead to theldpment of parent-professional
relationships that are characterised by partnersinigh interactions with health professionals
and service providers can act to either increasedarce parents coping (Hauskov-Grungaard
et al, 2011).

It may be that that health-professionals are unstitliee boundaries of the family-
professional partnership. Blue-Bannigigal (2004) reported that although the themes of
partnership were agreed between parents and pifatsone area of difference was in the
emphasis placed on commitment and equality. Wlatemts wanted professionals who
would go the extra mile, professionals expressesrvations about taking these concepts too
far. These reservations centered on professioeat®wed need to empower families and
concerns about fostering co-dependency and actceliging harm to the family. Regardless

of the reason genuine parent-professional partipeveds not evident in this study, and
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mothers perceived this as an additional sourc&@$s In the hospital environment mothers
described being left to provide most of the hands#re and observation that their child
needed, while in the home environment mothers destibeing left to get on with providing
care often with little support. This was not empang for these mothers, on the contrary it
acted to increase their stress and burden. Iniadditothers were rarely invited to participate
in the planning of care for their child, nor wehey involved in any meaningful way in the

evaluation of the services provided.

9.6 Expressed Unmet Service Needs of Young Children  with Life-
Limiting Neurodevelopmental Disabilities and their Families
Two decades have passed since Woadtegl (1991:216) interviewed parents of children

with chronic life-threatening conditions and fidsscribed what parents experienced as “the
complex and often distressing job of obtaining hefmost every study that has been
conducted in the intervening years has highlighiedneed to develop significant
instrumental supports for these families, and theimgs of this study are no different.
Mothers identified several unmet support needkimstudy. These included the need for
information, better respite, and a need for a keyker to organise and coordinate care.

9.6.1 Informational Needs

The complex and difficult task of accessing infotimra arose as a consistent finding in this
study. Providing general information received thwdst mean score on the MPOC subscales
in stage one, where a single source of informatias also identified as a factor considered
necessary to improve services. Mothers’ narratiessribed the difficulty experienced in
obtaining information, and the reliance on othexsepts as a source of vital information
about services and entitlements. Service provideasimously agree that accessing

information is a difficulty for parents.

Information is critical to families of children vhitchronic or complex conditions as a
resource in the management of the child’s condigomeans of adjusting to the future, as a
method of establishing control, and as coping reso(Cohen, 1993; Hummelinck &
Pollock, 2006; Nuutila & Salantera, 2006; Smithgateek, 2008; Kanpet al, 2010b).
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Despite this, previous research suggests that singesformation is a consistent challenge
for parents of children with life-limiting and ldfthreatening conditions, with access to
information arising as a consistent theme in redeliterature related to parents’ needs
(Lentonet al, 2001, Kirk & Glendinning, 2002; Redmond & Richaoah, 2003; Quinet al,
2005; Monterosset al, 2007). Most studies describe problems with paregpiorting having
to seek out information for themselves or receivimgyifficient or conflicting advices which

leaves them confused.

Research suggests that parents of children weHitiiting and life-threatening conditions
require a variety of different types of informatidrhe parents of children with a wide variety
of non-malignant life-limiting conditions in Lentat al’'s study (2001) reported that they
needed more information and specific advice on whab at times of illness. Similar
findings were reported by Monterossbal (2007) by parents of children with cancer.
Although mothers in this study reported that theynd it difficult to get information on their
child’s condition at the outset, medical or coratitrelated information was not the greatest
informational difficulty they currently encounteresipporting the opinion that the
information needs of parents develop and changetowe (Hummelick & Pollock, 2006;
Nuutila & Salantera, 2006). Consistent with thelings of Redmond and Richardson (2003)
and Quinret al (2005) mothers in this study reported accessifagnmation about support
services as one of the greatest on-going challethggsencountered. This included accessing
information about therapeutic services, supporises and entitlements available to the
child and family. Many mothers reported having épend upon peer support to provide this
information, and in some instances the lack of fdrimformation meant that families were
not availing of services or supports to which theyre entitled. This difficulty was
acknowledged by the expert panel of service prosidene agreement of service providers
that acute services are often unaware of the ssn@cailable to young children and their
families in the community suggests that servicevigigrs themselves contribute to this
difficulty.

9.6.2 Need for Additional Support Services

In addition to difficulties related to the procegservice delivery, mothers also identified

specific support services which were needed butkvhvere either unavailable or inflexible
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to the needs of the family. In many cases in-hoespite and support services, while very
gratefully received, were not necessarily senstiivihe family’s needs. Mothers’ reported
that they had to avail of respite (either in or ollhome) when it was available rather than
when it was most needed or most beneficial todhal. In addition they also reported

confusion about the role of in-home support workers

Respite care is a vital element in the continuurcasé for children with chronic life-limiting
conditions, especially for children with mediumloeng-term high dependency needs (Quinn
et al, 2005; Fowler-Kerry, 2008; DOH&C, 2010) whereatncprovide families with a
temporary reprieve from the burden of care andpgoodunity to spend time together as a
family away from the stress of everyday caring @tarrghet al, 2002). In addition, an
accessible respite service can reduce the nedwépital admission by providing the
community supports necessary to sustain paretiteincaregiving role. In a review of
repeated admissions of children with chronic heattblems Kelly and Hewson (2000)
report that 20% of hospital admissions were duéeadack of appropriate community
support services including respite for parents. Thaadian Association for Community
Care (2002:5) describes the provision of adequesgite care as an “absolutely essential
aspect of home care” and calls for a complex systeraspite services to meet the wide and
diverse needs of families of children with compteeds who they describe as “heavily
burdened”. Similarly the European Association dfi#e Care [EAPC] standards for the
development of children’s palliative care sugghat tespite for family carers and the child is
essential and should be provided in a flexible nearf@raiget al, 2008). In the context of
severe intellectually disability several factoruance the use of respite care (Chan &
Sigafoos, 2000), with exhaustion, both physical ax@tal, being one of the principal
reasons for a carers use of respite services (Hoale1998; Hartrey & Wells, 2003; Eaton,
2008). Parents who express a need for respitesaigdly severely stressed and caring for
severely disabled children, although this doesappear to influence the frequency or ease of
access to respite provision to these families (Bldt al, 2001; Chadwiclet al, 2002;
MacDonaldet al, 2006; Doiget al, 2009).

There is little literature evaluating the impacte$pite on family caregivers of children with
life-limiting conditions. In the context of childnewith disabilities reduction in stress levels
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and increased psychological well-being are repdi@ven & Reed, 2002; Shai al, 2002)

as well as positive effects on family functionirigh@n & Sigafoos, 2001; MacDonald &
Callery, 2004). In a general review of the resediterature Chan and Sigafoos (2001)
suggest that, at least in the short-term, respite is associated with significant reductions in
parental stress for the majority of parents whoiugdternatively the adult literature
suggests that when respite is offered too latesed too little in the caregiving experience
caregiver burden and negative health outcomesaneduced (Zariet al, 1999, Zarit,

2001).

MacDonald and Callery (2008) describe a trajectdrgare for intellectually disabled

children requiring complex care which suggests tegpite needs increase over time as the
child gets older. In this study, despite the yoagg of the children in this sample, mothers
expressed a current and urgent need for greag@tee®rvices, a situation consistently
identified in previous Irish studies of childrentllife-limiting conditions and disabilities
(Redmond & Richardson, 2003; Quiahal, 2005). Despite this expressed need the issue of
respite was complex for mothers. Only two famibesiled of out-of-home respite services
(a third was on a waiting list) and when mothesxdssed the need for better respite facilities
this generally referred to in-home respite. Respis highly valued by those families to
whom it was available, and was identified by thtwsevhom it was not as a service that was
required to make family life easier. Many motheesatibed a general lack of available and
appropriate respite, which was compounded by tihepéexity of the child’s care

requirements which made obtaining appropriatelylified carers difficult.

Although respite is generally considered to beliafrffom the burden of care provision,
Kerry-Fowler (2008) offers an additional perspeeton its role. Mothers of children with
life-limiting and life-threatening conditions inighqualitative study described how, in
addition to providing much needed relief, resplteveed them an opportunity to actualise
themselves more in the role of parent rather thandle of primary caregiver. A similar
perspective was described by mothers in this stlidis was especially true where there were
other children in the family as in this contextpis allowed the mother to spend some
relatively uninterrupted and quality time with tbleild’s siblings. Subsequently the provision
of sufficient and appropriate respite has the pgatkto impact positively not only on the

322



mother as the primary caregiver, but also on thingjs of the young child with a life-

limiting neurodevelopmental disability.

Most reviews in the area of respite care find téxidefinitions of respite and a range of
services included (Olsen & Maslin-Prothero, 200kie€son & Westwood, 2004; Merriman
& Canavan, 2007). The definition and purpose gpitesalso seems to depend upon who is
asked (Olsen & Maslin-Prothero, 2001; MacDonald &lI€ry, 2004). Zarit (2001) proposes
a broad interpretation of respite services sugggshat respite encompasses all programs
and services that provide temporary relief to fgradregivers. Within this interpretation all
in-home support services (including home supporkexs and home-helps) effectively
provide a form of respite care. It is difficult¢ompare general in-home support services
with published literature in the context that tigpets and availability of such services vary
greatly and beyond being acknowledged as a supp@tirvice to parents there is no
empirical literature exploring this aspect of seed. Several areas of difficulty were
identified by mothers in this study in relationtb@se ancillary support services which
included access difficulties, unexplained or sudstenvice withdrawal or reduction, and role

confusion.

Non-professional in-home support was complicatethyfact that often the same individual
performed more than one role (home-support workesree day and home help on another)
which caused confusion about particular roles asgaonsibilities and which tasks could or
could not be performed by in-home support workieraddition mothers described how this
service could be reduced or withdrawn without reabte explanation (beyond vague
reference to funding issues) even though their hanaefamily circumstances had not

changed.

Respite care can be structured in a variety of vaaigsbe provided both formally and
informally, each of which has unique advantagesdisadvantages (Merriman & Canavan,
2007). Formal in-home respite was the preferrech flur mothers in this study. The same
preference was expressed by Irish carers in a nuafilsenall-scale qualitative studies
(Hartrey & Wells, 2003; Redmond & Richardson, 20@3)e of the difficulties with in-home
respite is the fact that children with complex dtinds requiring specialised care need to
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have respite that is provided by a qualified nuvke can respond to the child’s changing
needs and be competent with the use of any equipreeuired (Olsen & Maslin-Prothero,
2001; Valkenier, 2002). Currently respite carehtese families is provided through a
provider based model, with professional carers yeogided through either the HSE or
through a charity service. This meant that famitied to avail of professional respite
whenever a suitable carer was available. It matphaea more flexible consumer directed
model of respite provision is required to meetrikeds of families caring for a young child

with a life-limiting neurodevelopmental disability.

Consumer-directed modes of financing and delivesignyices permit service recipients, as
opposed to medical or social work professionalmmaratively greater choice and control
over all aspects of service provision (Detyal 1996; Kodner, 2003). Although various
approaches with differing degrees of professionaitoring are possible (Tilly & Wiener,
2001) effectively consumer-directed models of serprovision are based upon beneficiaries
receiving fiscal resources enabling them to purellas services they want (Tilgt al,

2000). Although this model is not used in any crhie Ireland, it is widely used in adult
services in several European countries (Téllal 2000) and in disability services in America
(Helleret al, 1999).

The move from the current agency-based model tmawmer-based model of respite
provision would move control over who provides fieevice, and how and when this service
is delivered, to the family. The model could alsolude the ancillary services that form the
total respite package that the family receiveshis context families are allowed to hire the
support attendant, define the attendant’s duties d@cide when and how specific tasks or
services are performed (Dagy al,1996) which would eliminate the issues of unsuéabl
hours and role confusion described by mothersignstiudy. Although families tend to hire
friends, neighbours, and members of their exteriaedlies in non-professional support roles
(Caldwell & Heller, 2003) this could in fact proe@dditional benefits for families in that
the advantages of family support are retained hedlifficulty of asking for help reduced.
Evaluation of consumer directed models of servioigion indicate that families with more
control over services in this way had fewer unnestds and used more services than the
control group; were more satisfied with the sersitteey received; experienced greater self-

efficacy, and were less likely to desire an outiofme placement than the control group
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(Helleret al, 1999; Caldwell & Heller, 2003). Similar findinggere reported by Benjamat

al (2000) who report that families in the consumeedied model report more positive
outcomes than those in the agency model, in reldtiacinmet needs, and service satisfaction.
A family member present as a paid provider was atswciated with more positive reported

outcomes within the consumer-directed model.

Although health professionals have expressed cos@out the capacity of consumer
direction to assure quality, particularly with respto safety, meeting unmet needs, and
technical quality, evaluations of the model suggjest these are unfounded and that the
consumer-directed service model is a viable alterm#o the agency model, producing
quality of care that is at least comparable to ginavided by the agency-directed model
(Benjaminet al, 2000; Benjamin, 2001; Tilly & Wiener, 2001).

9.4 Need for a Key-Worker and Improved Multi-Agency  Working

Both mothers and service providers indicated a feea key-worker for all families caring
for a child with a life-limiting neurodevelopmentikability. There was however a slight
difference between parents and service providersspect of what functions a key-worker
should perform. While service providers focusedtanservice-coordination function of a
key-worker, parents envisioned a much broaderpatécularly in relation to a key-worker
who would also act as a single source of infornmaéibout services and entitlements. In this
respect key-workers represented the single poiobofact and information that families

would like.

Grecoet al(2005:v) describe a key-worker as “a named perdoomvthe family can
approach for advice about, and practical help vaitty, problem related to the disabled child”
suggesting that the term is often used interchaigedath care coordinator, link-worker, or
service coordinator. The value of having one napedon who acts to coordinate the input
to the family from the various agencies and sesvingolved in the child’s care is well
recognised (Cavet, 2007). In a review of the eweearlated to key workers Liale al

(2001) concluded that findings indicate that a Weyker service is associated with:
improved overall quality of life for families; bettrelationships with services; better access

to services and benefits; and reduced levels e$stiSimilar findings about the value of a
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key-worker were reported by Townsleyal (2004) and Grecet al (2005). Additionally

good personal relationships between key workerspanents are reported by parents’ as
important factors and of value in themselves (Berds 1995). Slopeet al (2006) and
Beechanet al(2007) report that the extent to which key-worksasy out various aspects of
their function and the number of role aspects feyorm is a strong predictor of family

outcomes.

The topic of key workers for families of childreritlvlife-limiting conditions has received
considerable emphasis in health policy formulati@®H&C, 2001; 2005; DOH&C, 2010).
In its policy documenPalliative Care for Children with Life-Limiting Calitionsthe

DOH&C (2010) identify a key worker, specificallyGhildren’s Outreach Nurse, as fulfilling
the role of improving the coordination and integmatof services and providing continuity of
care. Although this is generally considered to éngegral part of a key-workers role
(Cavet, 2007) previous research however suggestd tmay be an aspirational and overly

optimistic aim.

Not withstanding the evidence in favour of key wands in practice the simplicity of the idea
is contrasted by the complexity of its implemermatiln respect of the proposed service
coordination function of the key-workers role resbasuggests that families with a key-
worker do not necessarily experience fewer probleitts services than families without a
key-worker (Beresford, 1995, Greco & Sloper, 200é\ould appear that, while effective in
an informational and supportive role, the effeatiees of a key-worker in reducing service
related problems is ultimately dependent on intenag cooperation and service availability
(it is not possible to coordinate services thahdbexist in the first place). Greet al (2005)
suggest that if key worker services are to be gragffective service system, implementation
must take place on an inter-agency basis. Theaeffiof the key worker’s is therefore
dependent on a basis of good multi-agency workirgpth strategic and practice levels. This
was not evident in this study with mothers rep@groor coordination and integration of
services, and poor communication across the aqrtmary care interface, and both within
and between agencies. In the context of childreh eemplex healthcare needs, Watsoal
(2002b) suggest that there is a continuum of jmiortking ranging from multidisciplinary to
transdisciplinary working. They suggest that trasgglinary working is “a synthesis of

services” (p.53) whereby packages of care and stupp® developed to meet the particular
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needs and aspirations of individual children arartfamilies. This level of working was not
evident in this study, for although there was enateof multidisciplinary working, mothers’
reported little coordination between agencies amdice delivery focused on the child’s

needs which were narrowly defined.

Research on multi-agency working also provides isterst findings on factors that can
facilitate or act as barriers to coordination afvgges (Watsoret al, 2002b; Cameron & Lart,
2003; Carteet al, 2007)). These studies suggest that successftitagancy working is
promoted by: clear and realistic aims and objestivhich are understood and accepted by
all agencies, leading to a clearly defined moddiaw the multi-agency service will operate;
agreement about how resources will be pooled aesghalearly defined roles and
responsibilities, so everyone knows what is exgkotehem and of others; clear lines of
responsibility and accountability; and ensuring@jsgstems of communication and
information sharing at all levels. Factors thatd&injoint working include: constant
reorganisation; frequent staff turnover; lack oélified staff; financial uncertainty,
difficulties sustaining initiatives when fundingased and difficulties in ensuring equity from
partner agencies; and different professional idgekband agency cultures (Atkinsenal,
2002; Koppekt al, 2001; Grecet al, 2005 ). It may be that many of these issues ebd
addressed in current services before it can bectegh¢hat the introduction of a key-worker

for families can improve the coordination and defdvof these services.

9.5 The Intersection of Policy, Theory and Practice
Because of the nature of their conditions childegth complex life-limiting

neurodevelopmental disabilities occupy a spackeaintersection of medical and social
policy. The past two decades have seen the mdadslgtform policy for disabled children
and their families undergo radical changes based the social model of disability which
was critical of the traditional individual mediagbproach in favour of a more socio-political
approach (Barnes, 2005). At the same time advanaesdical knowledge and care have
increased the number, and extended the longeYighilmren with complex and life-limiting
neurodevelopmental disabilities, a trend thatkisl{i to continue into the future (Goldman,
2003).
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Although current policy discussions acknowledgé dheldren with developmental
disabilities are a heterogeneous group, policygiesons and legislation are aimed at the
group as a whole, and focused at the level ofrtividual rather than the level of the family
(Government of Ireland, 1999; 2004; 2004b; 2004085). While this may be effective at a
general level it does not appear to account foet#tueptional needs of these children and
their families, nor does its individual-level focascommodate the exceptional demands
made on the families of these children. The chiidegth life-limiting neurodevelopmental
disability in this study represented a unique amderable subpopulation of disabled
children, who have complex medical needs, a requare for ongoing high intensity care,
and utilisation of a wide variety of health sergctn this context they differ in significant
ways from the broader general group of childrerwlisabilities supporting Hefner’s (2010)
assertion that these children should be the fotuslependent studies and policy
discussions in the context of general disabilityadldition, while family disability literature
over the past decade is critical of a burden-caiet focus on families of children with
disabilities (Scorgie & Sobsey, 2000; Greene, 200rateet al, 2010) the findings of this
study suggest that not only do families of yountdcan with life-limiting
neurodevelopmental disabilities carry a heavy bumied face many challenges and
difficulties over the course of their caregivingit bhat this burden negatively impact on all

dimensions of family life, and on all members af tamily unit.

Current health policy prescriptions advance thenary care model for children with
complex and life-limiting conditions (DOH&C, 201Gnd this is consistent with the wishes
of mothers in this study and in previous studiesdifiRond & Richardson, 2003). However
this appears to be at a significant cost to theébsglg of primary caregivers and families,
and clearly policy does not target families witglhservice needs in ways that adequately
support them in caring for children with life-lirmg neurodevelopmental disabilities. In the
absence of explicit national best practice guiddifor children’s palliative care the DOH&C
(2010) adopt the United Kingdom based ACT Cha®&T, 2003). This charter outlines the
basic requirements of children and families recgj\palliative care, and includes 14 items
related to the delivery of services that such chitdand their families should expect to
receive. These include that every child with alifieiting condition and their family should
expect: to be included in the process of care ptanno be provided with timely and

appropriate information; to have access to a kegkerg and to be offered regular and
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reliable respite care. It is obvious from the fimgs of this study that services to young
children with life-limiting neurodevelopmental diskties and families are not in accordance

with these best practice guidelines.

There is also the issue of how best to approa@arel with these children and their
families. On one hand the findings of this studymsurt a non-categorical approach to
exploring the needs of children with life-limitimgnditions. The symptom profile of the
children in this sample was comparable with thattofdren with a wide variety of life-
limiting and life-threatening conditions in a stuoly Lentonet al(2001), and the difficulties
families described in relation to engagement watlvises are generally consistent with those
in other published literature for more generic dapans of children with life-limiting
conditions (Hunt, Elston & Gallaoway, 2003; Redm@é&nRichardson, 2003; Quinet al,

2005. However the findings also suggest limitationsweh a non-categorical approach. The
complexity and continuous nature of their condsicand the high level of skill their care
demands, differentiates young children with lifeiling neurodevelopmental disabilities
from both the general population of children witiranic conditions, and the general
population of children with developmental disai®kt In addition research suggests that this
population of children may be less supported bgmaéed family than those with less
complex needs (MacDonald & Callery, 2008; Monteoastsal, 2007). Families in this study
crossed the divide between theories of chronies life-limiting iliness, and theories of
disability, suggesting that this is a unique greughin the population of children with life-
limiting conditions and that the application ofditeonal individual models may not
encompass this uniqueness. This has recently lkeeegmised within the overall realm of the
field of Disability where, within the last few yesischolars within the Disability Rights
Movement have begun to critique the social modeligdibility, debating its generalisability
and proposing potential alternatives to the souiadlel (Hughes & Paterson, 1997; Chappell,
1998; Chappell & Lawthom, 2001; Shakespeare & Wgt20601; Gabel & Peters, 2004;
Burchardt, 2004). Chappell (1998) and Chappelllzamithom (2001) argue that one of the
difficulties of the social model of disability ikdt it attempts to encompass the experiences of
all disabled people, and in doing so challengeséparation of disabled people from
eachother. Similarly Hughes and Patterson (199v8 radicated a concern that the
definitions presented by the social model deny blogily impairment has any relevance, and

argue that the realignment of the disability / imnpent distinction is vital. Shakespeare and
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Watson (2001) also propose that “the "strong" danw@del itself has become a problem” (p.
13) arguing that a modernist theory of disabilityieh seeks to provide an overarching meta-
analysis covering all dimensions of every disalfeson's experience is neither a useful nor

attainable concept.

9.6 Confirmation of the Study’s Theoretical Framewo  rk
As described in Chapter One, this study was undeegi by Family Stress, Adaptation and

Adjustment Theory and its associated Double ABCXdklamf Family Adaptation
(McCubbin & Patterson 1982, 1983a, 1983b; McCulébiMcCubbin, 1991, 1993;
McCubbinet al, 1996a). According to this theory family stress andlaptation to adversity in
influenced by the cumulative pre-crisis and pogisistressors that the family experience,
which interact with the availability of existing édumew resources and the meaning that a
family gives to a situation, to support the familyesponding and coping with adversity.
Although the study did not test the individual camgnts of the theory, at a general level
there is strong support for the theoretical framwo the findings of this study.

Mothers’ descriptions of the birth of their childdainitial hospitalisation support the
proposition that this has a devastating effect@ntstitutes a major family crisis. Two
specific types of stress were identified by parémtis study. On one hand there was the
necessary, or unavoidable, stress of coping witcHild’s condition and complex care
requirements, and the ensuing cognitive, physiedleanotional challenges with which the
family was confronted. Although inevitable, thipgyof stress was mentally and physically
exhausting for parents due to the nature of the peovided and the unpredictable crises in
the child’s condition with which they were confredt This stress was not stable, for
although there was the chronic stress associatiddie child’s care, parents also reported
episodes of acute stress associated with chandles e¢hild’s condition and episodes of

hospitalisation.

On the other hand, parents also reported avoidahleanecessary stress. This was principally
associated with the frequent conflicts and battiey encountered with professionals and
service systems. The battle with service systenst often related to an unmet need for care

and support services. This has also been reportectvious research (Redmond &
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Richardson, 2003; Humt al, 2003; Quinret al, 2005; Nicholl, 2008). Battles with health
professionals were most frequently associated frutiration and a perceived lack of
partnership. These findings are generally condistéh previous research exploring the
experiences and needs of parents of children wie t@mplex disabilities (Redmond &
Richardson, 2003), complex medical needs (O’ Bi2891, Alexander, 2002; Carnevaie

al, 2006; Steele and Davies, 2006; Smith Stepandlg)2@nd parents of children diagnosed
with rare conditions (Dellvetal, 2006). This group of researchers reported thatlies of
children with complex, rare, or poorly understootditions often do not feel validated by
service providers and the unremitting physical amdtional demands that parents
experience are often not fully understood by tlefgmsionals who play a role in providing

for the care needs of these children.

The physical, emotional, social and financial streported by parents in this study is
consistent with previous research findings (Hamjg02; Ratliffe, 2002; Redmond &
Richardson, 2003; Wang & Bernard, 2004, Qefial, 2005 Steele & Davies, 2006). The
cumulative stresses experienced by parents irsthiy/ had a negative impact on all
dimensions of family life, and affected every memdiethe family unit either directly or

indirectly.

Mothers in this study identified several adaptiesaurces which mediated the experience of
stress associated with caring for their child. Bhesuld be classified as intra-familial and
extra-familial. Intra-familial resources includeghiily relationships and the support of
partners, and extended family. In addition mothdescribed personal resources such as
personal strength, pragmaticism and optimism whgsisted in their daily coping. This is
consistent with the assumption of Family Stresgustthent and Adaptation Theory that all
families possess strengths and develop competeioceetect and assist in family recovery
from both expected and unexpected non-normatiessrs following a family crisis. It
supports the move to a family strengths and resijigoerspective which has become an
important concept in child development and familysing theory (Patterson, 2002; Blundo,
2001; Allisonet al, 2003; Walsh, 2006; Bernard, 2006; Sittaeal, 2007; Dunst & Trivette,
2009). It also suggests individual resilience anphrt of the mother which Patterson (2002)
suggests is an important facet of family resilieimcéhe context of theories of family stress.

Extra-familial resources were also reported by ragthn this study. The findings support the
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premise that social support (in this study priniiypom other mothers in similar situations)
is an important protective factor and adaptive ues® (McCubbin & McCubbin, 1991, 1993;
McCubbinet al, 1996a), and is also consistent with previousaiete(Dyson, 1997; Black &
Lobo, 2008).

Family Stress, Adaptation and Adjustment Theoryppseed that services available to
children and their families form part of the fan'slgxpanded resources, and consequently
should act as a protective factor against famigsst (McCubbin & McCubbin, 1991, 1993;
McCubbinet al, 1996a). Unfortunately this was not evident infindings of this study.
Although all parents reported individual professilsrwho were compassionate, encouraging,
and supportive during their stressful journey hia tmain parents interactions with service
providers in this study acted as a stressor rdltfaer a protective factor. This finding is
consistent with previous research reporting parexperiences of caring for their child with
a life-limiting illness (Redmond & Richardson, 20®3unt, Elon & Galloway, 2003; Kirk &
Glendinning, 2004; Smith Stepanek, 2008; NichdD&). However, mothers’ in this study
did describe a process of “meaning-making”, andsistant with the assumptions of Family
Stress, Adjustment and Adaptation Theory this apgzbto act as a recovery factor.

As stated in Chapter One this study was not dedigmée a test of Family Stress,
Adjustment and Adaptation Theory. Consequentlyaaiittomponents of the theory, for
example family types and family outcomes, weremeasured or explored in the study. The
theory did however provide a guiding frameworktfoe study, and the findings suggest that
this is a constructive and useful framework for enstinding the needs of this population of

children and their families, and for framing intemions with families.

9.7 Overall Strengths and Limitations of the Study

This study is unique in its investigation of thélipdive care needs of this specific group of
children and their families in an Irish context.dpee the attendant difficulties relative to the
general complexity of terminology, the study prasdhe first comprehensive overview of
the specific needs and experiences of a well défgmeup of life-limited children and their

families. The attempt to investigate not only tlwauggification of physical problems
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experienced by these children, but the efficacheir management is a unique feature of the

study.

Previous quantitative studies have used variouslatdised instruments to measure the
impact on the family of caring for a child withigetimiting condition and complex
disabilities; however these have missed the rigtute of an experience that is essentially
personally lived (Lentoet al, 2001; Roberts & Lawton, 2001; Curranal, 2001). In an
attempt to rigorously measure specific impactsaspubcts of the experience, studies using
purely quantitative methods have divided and comnpamtalised the experience of caring for
these children, and consequently lost the actugksdin which this care is delivered and
experienced. Conversely, while qualitative studheser reflect the full nature and context of
the experience, they often lack the kind of fodwe teads in an obvious direction to specific
conclusions and actions that can be taken (O’B&6601; Redmond & Richardson, 2003;
Steele & Davies, 2006; Green, 2007a, Manaseri, Q0% use of a mixed methods
approach is a unique strength of this study regativother published research in this area.
This has allowed not only the quantification of thgpact of caring for a young child with a
life-limiting neurodevelopmental disability on tfeemily, but also helps to understand the
nature and origin of the related stress which in has identified specific areas for

intervention with these families.

The inclusion of both families of young childrentilife-limiting neurodevelopmental
disabilities and the providers of services to thapulation of children and their families is an
additional strength of this study. Although thisleen undertaken in previous qualitative
studies, these have tended to present the findim@ssingle overall perspective in which it
was impossible to distinguish opinions. The desifjthis study facilitated the exploration of
both convergent and divergent opinion between tidse use the service and those who

provide it. This is valuable in the context of tiferences that exist between to two groups.

However, no single study can capture all that migghtearned or known about a given topic.
Certainly no study undertaken by a single reseayehithin a limited timeframe, can be as

comprehensive as the topic might deserve. Thig/studo exception. The limitations of each
individual stage of the study have been discusséige relevant chapters, however, taken as

a whole the study is also subject to several litites.
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Principal amongst the limitations of this study Hanple size and the sampling frame from
which it was drawn. Although investigating a snpdpulation of children and their families,
this nonetheless is a relatively small scale stilithis, in combination with the lack of any
accurate prevalence data on which to base a povadysss, makes it impossible to assess the
power of the study. In addition, the sample fos tudy was drawn from the database of the
Jack & Jill Children’s Foundation. This represeatgroup of children and their parents who
have services beyond those provided by the trawditibealth services i.e. a particularly well-
supported group of families. This may limit the galisability of the findings to other

families who are not in receipt of these additicselvices.

Two additional factors limit the generalisabilititbe findings. The first relates to the self-
selection of participants: although all familiesoniet the inclusion criteria for the study
were invited to participate, not all wished to @o Whether these families were significantly
different from those included in the study canmr®khown. The second issue relates to the
homogeneity of the sample. Most of the families whdicipated in the study were two
parent families (married or cohabiting) and theraa diversity in the sample relative to

culture or ethnicity.

The study is also limited by its correlational amdss-sectional design. While the design of
the study facilitated identifying the relationshipstween different variables it precluded
identification of causal association. Overall tlesidn of the study results in findings, that
while comprehensive, represent the experiencesurigy children with life-limiting
neurodevelopmental disabilities and their famileasg service providers, at a specific point

in time.

9.8 Conclusion
Children with life-limiting neurodevelopmental diskty and their families are a unique and

vulnerable population. Their complex needs, ongoatgiirement for complex and high
intensity care, and need for a wide variety of tiesérvices and supports differentiate then
from other groups of children with disabilities éBnlett, 2009). Caring for a young child
with a life-limiting neurodevelopmental disabili&gg home requires a titanic commitment on

the part of the child’s family. However despitergeconfronted with multiple stressors it
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was not the child, or the severity of the childmdition, that was the major cause of stress
for families in this study. Rather the burden wssogiated with the sometimes
overwhelming, always unpredictable and persistemahds of providing care, which
increased family work while simultaneously decregsiocial and personal opportunities for
mothers. This situation was exacerbated by stigrimgtiattitudes which lead to social
exclusion of the child and family from many norraativities. It was amplified by

insufficient, inadequate and bureaucratic serviasch instead of ameliorating the stress
experienced by families often worked to increageltirden as mothers attempted to navigate

the labyrinth of services and entitlements thair ttieild needs.
This chapter has provided a discussion of the kimgrated findings of this study. The

findings have been mapped to the aims, objectimds@search questions outlined in chapter

four. The overall strengths and limitations of #tedy have been presented and discussed.
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Chapter 10: Conclusions and Recommendations

“We can succeed only by concert.
It is not, “can any of us imagine better?’ But, “Can we albdtier?”
Abraham Lincoln
Annual Message to Congress
Concluding Remarks
December 01, 1862.

10.1 Introduction

This is a challenging time for all health servige$reland in the context of proposed radical
changes to the structure of Irish health systerdslaam austere fiscal climate in which these
changes are taking place (Minister for Health, 30lbw more than ever it is essential to
have services that are designed, and health pblatyis developed, on a sound and reliable
evidence base. Understanding how services or feleof, impact the lives of citizens who
experience them and for whom they are ostensitdigded is critical. This study contributes
to this understanding in the context of young aleitdwith life-limiting neurodevelopmental

disabilities and their families.

This concluding chapter presents a synopsis okélgdindings of this study and the
conclusions drawn from these findings. Recommeandatare made, both for clinical
practice and for the development of health polbased upon these conclusions. These
recommendations provide a mechanism for improvwegquality of life of young children
with life-limiting neurodevelopmental disabiliti@nd the quality-of-life of the families who

care for them. Directions for future research assgnted.

10.2 Summary of Key Findings

It is clear from the findings of this study thatilelthe numbers may be relatively small, the
needs of young children with life-limiting neurodgepmental disabilities are multiple,
complex and ongoing, necessitating the provisidre®mplex medical, nursing and
technological skill and care. For the childrenhiststudy this care was provided principally

by the child’s mother, for which she receivedadittfaining or recognition. Although the
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children in the sample had problems that were Samt, both in complexity and number,
there was no evidence of an unmet need for spsicllliative care services in this sample
of children at this time.

The nature of the child’s requirements resultedrinntensive care schedule, which in many
cases included the provision of night-time caretiidos’ commitment to the child and the
care required was obvious; however this impactedod had consequences for, all members
of the family, most particularly for the motherths main provider of hands-on care and
management. Family life was characterised by uatgytand unpredictability, and mothers
described episodes of overwhelming burden inteespay periods of relative stability and
routine. In particular crises were associated @iticharge from hospital, and oscillations in
the child’s condition. Where there were other sigpdi in the family mothers felt guilty about

the disproportionate amount of time that needdektdevoted to their most needy child.

For many mothers, rather than a source of suppemntjces designed to support their child
were considered an additional cause of stress amtkh. Mothers reported services that were
difficult to access, insufficient, inconsistentdanagmented. In addition they found obtaining
information about services a consistent challeMgay of these experiences were supported
by the views of the health professionals delivetimgservices, although service providers
appeared to underestimate the way in which serdggeslinated and integrated to form a
cohesive package of care for the child and fanMlgthers’ additionally reported that
communication with, and between, services was prohtic at all levels. Despite these
ongoing challenges mothers’ were fairly satisfigthwhe services they did manage to

obtain, and all reported encountering health psxéesls who went out of their way to

contribute to the welfare of their child and familya positive way.

When mothers were asked what they needed to imphaveare and services they receive the
list was headed by easier and more frequent ataélss services that their child needs,
closely followed by additional practical assistateéelp them in their caring role.
Alternatively when health professionals were askbdt they though would improve the care
and services to this population of children andrtfanilies they focused more on improving

service related issues.
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Despite the involvement of a wide and varied raofgeervice providers in the child’s care,
there was agreement amongst the group with regartie overall goals of care for the child.
These included some of the principles of a palleatipproach to care although the family
dimension inherent in this approach was largeliteg: Despite the group agreeing and
advancing the concept of home-care for young ahldvith life-limiting

neurodevelopmental disabilities, support for theifpin the provision of this care was not
agreed as a primary goal, nor did it rate in thgefiee priorities for improving services to

these children and their families.

The findings of this study provide compelling ewnde that current services are failing to
meet the needs of this population of children dmair tftamilies. They emphasise the need to
urgently address issues related to the inadequatesn of services, and to address issues
related to the manner in which the services theaeaailable currently function. There are
implications for services at both the practice palicy levels, and while there is an obvious
need for more services of all types there is atsimg evidence to suggest that more effective
multi-agency working, improved service cohesion attdamlining services could also have
a major positive impact on families without addit major fiscal commitment. Table 10.1
provides a distilled overview of the key recommerares of this study. These
recommendations are discussed in detail in theirefeaof the chapter where they are

presented separately for improving services tolfamat the practice and policy levels.
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Table 10.1Key Recommendations Based upon the Findings &ttliy

Key Messages from the Study

» There are not enough general services availabieett the needs of this population of children i families.

» The services that are available are not sufficjertiordinated or integrated to provide a coheshateffective package of care.

» Service providers lack the “family focus” essent@meeting the needs of families caring for yoahidren with life-limiting neurodevelopmental

disabilities.

Key Recommendations for Practice

1. Greater multi-agency coordination and shared clamnng is
essential if care is to be delivered effectivelyhis population of
children and their families.

2. A standardised measurement of need is urgentlyinestjagainst
which services are allocated and evaluated.

3. A Family-Nursing orientation to the care of thigopitation of
children and their families is essential to addthesconsiderable
needs of the family.

Responsibility for Implementation
All health services personnel who work with theldlaind family

Cost of Implementation
Requires improvement and “re-orientation” of cutregrvices only. No fiscal
commitment required to make these improvements.

Key Recommendations for Policy

1. There is an urgent need for more services of pgy

2. Parents must be involved in the planning and etialn@f services.

Responsibility for Implementation
Minister for Health
DOH&C and Service Managers

Cost of Implementation

Increasing services to this population of childagwl their families obviously
has fiscal implications, however, this needs tedmsidered in the context of
the impact the lack of services is having on ttHagglies.

No fiscal commitment required for recommendatiof s requires only a
partnership orientation with parents.
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10.3 Key Conclusions and Recommendations for

Improving Practice
The findings of this study highlight an obvious dee amend current practice in order to

better meet the needs of young children with lifeiting neurodevelopmental disabilities
and their families. These necessary changes itela&veral aspects of current practice
including: greater support for families caring y@ung children with life-limiting
neurodevelopmental disabilities, improving the daiy of services to this population of

children and their families, and improving the sexg themselves.

Although parents identified some positive aspettaiaent services, principally in terms of
attitudes and relationships with professionalstaedjuality of services received, the overall
findings of the study are of services that aradlift to access, insufficient, inconsistent,
inequitable, poorly coordinated and integrated, @matacterised by bureaucracy and delay.
This finding is consistent across both families aanvice providers. The need to address
issues of service provision to this populationtofdren and their families is evident in both

phases, and all stages, of this study.

10.3.1 The Transition from Hospital to Home
Although the care required by the young child veaitlife-limiting neurodevelopmental

disability was consistently burdensome, there wgétetions and episodes that were
particularly traumatic and overwhelming for mothédse of the greatest challenges mothers
identified was in relation to the initial discharigem hospital with their infant. Many
described being overwhelmed by the intensive aagairements of the child and lack of
community based support services. In some instamodisers and infants were discharged
without referral to community services and it wasto the mother herself to try to organise
this. This appeared to be an incredibly difficutté for mothers as they grappled with the
complex needs of their child, with all mothers itifging this as a time of particular
vulnerability and crisis. The complexity of the lieilmg curve for parents at this stage in their
journey has been described in previous studieteceta children to children with life-

limiting conditions and complex health care ne€d8(ien, 2001; Alexandeet al, 2002;
Redmond & Richardson, 2003; Quianal, 2005; Steele & Davies, 2006).
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The opinion of service providers in this study waet hospital based services are not
sufficiently aware of the services available tostnehildren and their families in the
community. This may have contributed to the defitkommunity based services that
mothers experienced on discharge, however, it doeaccount for the fact that many
mothers did not feel sufficiently prepared to tékeir child home in the first place. Careful
planning and preparation at a number of levelsté for the critical transition of the child
and family from hospital to the community. Lewisdadoyes (2007) suggest that the
discharge of a child with complex healthcare negdsprocess that needs to be planned
across agencies, with all individuals who are imedlin that process understanding and
contributing to the decisions made. Harrigaral (2002) used a review of the literature
related to medically fragile children and their fhes to develop a framework for improving
the quality of care delivered. Amongst the suggestis that the training for discharge must
be meticulous, extensive and as real-world as plessind that families should be well
connected to available community services befonego@ischarged from hospital. Similarly
Price and Thomas (2007) propose the need for am@rapsive and robust training
programme for parents of children with complex rsepdor to discharge. This would appear
to be particularly important for mothers of childreho are technology dependent to ensure
that they are provided with the skills, knowledgel @onfidence to care for their child at

home.

Recommendations
There should be considered, planned and meticdisebarge preparation for young

children with life-limiting neurodevelopmental diskties and their mothers. This should be
initiated well in advance of the proposed dischdrge hospital so that mothers are
appropriately trained in the management of theidhcare, and confident with using any
technology that the child requires.

» Discharge planning must involve both hospital aochmunity based services, in
particular Public Health Nurses and General Prangts as the primary providers of
care in the community. Such a collaborative systédischarge planning would
ensure that all children and their families arernsanted to the appropriate community
based services before discharge.

» Addirectory of appropriate locally available semscshould be available to all

mothers. This would alleviate the consistent diiiig that mothers experience with
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accessing information about services, and is pdatity important since community

based services are agreed to be inequitable anthifotmly distributed.

10.3.2 Adopting a Family-Nursing Approach to Care

The stressors facing a family caring for a younigdahith a life-limiting

neurodevelopmental disability are complex and mpl@tiOngoing care provision has
consequences for all family members, and all aspefdiamily life. The findings of this study
underscore the need for a family nursing approache care of young children with life-

limiting neurodevelopmental disabilities and tHeaimilies.

The concept of “family” has been variously definedhealth-related literature, with
definitions differing depending upon the theordtm@entation of the definer (Freidmamt al,
2003). Subsequently family nursing can be concdigedhin a variety of ways which in turn
will influence the manner in which it is practiceithough Neabeétal (2000) suggest that
the purpose of family nursing is to enhance thenaton of family strengths and coping
skills, which may help to maintain the family’s fittbain reality the degree of family-
centeredness is dependent to a large extent upghtlosophy of the system in which it is
practiced. The concept of family nursing is noteldused in current healthcare practice or
policy although recognition of the “patient and fgfhor “child and family” is found in

many policy documents and nursing curricula. Faroéptred or family-focused care is the
more frequently used term (DOH&C 2004a DOH&C 20DQH&C 1999), which while
acknowledging the importance of the child’s famépd advocating health services work “in
partnership with families” (DOH&C 1999, DOHC 20044SE 2005), does not necessarily
imply a readiness to consider not only the needghar family members but the needs of the
family unit as a whole. Nor does it imply the insilon of families in the planning,

implementation or delivery of care and services.

More recent health policy and legislation, parielyl in the context of disability services, has
further narrowed the focus of care with an emphasigperson-centred care” (DOH&C

2007, DOH&C 2006, Government of Ireland 2005). Ainae when all health policy is
shifting the focus of care to the community whergyassible (DOH&C 2008a, DOH&C
2008b, DOH&C 2007, DOH&C 2001a, DOH&C 2001b), pautarly in the context of
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children with life-limiting conditions (DOH&C, 20)ahe case for addressing the needs of
families, in this context the primary carers, seefmgous. It must also be acknowledged that
different families react differently to the demanudisced upon them. The considerable
morbidity experienced by the families of young dhéin with life-limiting

neurodevelopmental disabilities emphasises the ritapoe of addressing the family
dimension of the care delivered. Adopting a fanmiysing approach facilitates a move to a
view of the family as a unit of care rather thamy a context for care. The expert panel in
this study agree that this is not currently thespective of service providers to these children

and their families.

Mothers in this study provided valuable, highlyllgld, and complex care to their children;
this expertise needs to be acknowledged by alttheare providers by adopting a
partnership relationship with mothers. Althoughtparship is at the core of all Irish child
and health care policy is was not evident in thdifigs of this study, particularly in relation
to hospital based services, and there appearegldsbrepant perceptions between mothers
and service providers of what is involved. Ratihanta genuine partnership approach
mothers in this study reported what de Lietal (2001:562) described as a “Marxist division
of labour”: whereby mothers perform the ‘manual’rivan caring for the child, while health
professionals carry out the ‘intellectual’ work. Mers in this study were not in control of
any aspects of the planning, goal-setting, decisiaking or coordination of care for their
child.

Recommendations
* A family nursing approach is required in the defyef care and services to young

children with life-limiting neurodevelopmental diskties and their families. This
approach would facilitate the identification of theeds of each member of the family
and of the family as a functional unit.

» Service providers need to adopt a genuine partipensbdel with parents in which
mothers’ expertise in relation to the care of tloitd is appropriately acknowledged

and valued.
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10.3.3 Planned and Ongoing Assessment of the Needs  of the
Child and Family

This study highlights the multidimensional and ctingied nature of need with regards to
children with life-limiting neurodevelopmental diskties and their families. The findings
suggest that considerable morbidity may be expeety all family members in particular
the mother as the main provider of care, who pldlent own needs second to those of all
other family members. Family needs are subjechémge, and in this study stressors were
perceived more acutely in association with chamgdéise child’s condition, episodes of
hospitalisation, or events necessitating unantieghahanges to the established family
routine. Such findings are not new (O’Brien, 208lexanderet al, 2002; Redmond &
Richardson, 2003; Quiret al, 2005; Steele & Davies, 2006), however they doipki the
importance of frequent and planned re-assessmehé éamily’s needs. It should also be
acknowledged that, despite many commonalities, &aolly has a unique experience,
including unique strengths and adaptive abilitidgese should also be considered a focus for

intervention with families.

Recommendations
» There should be comprehensive assessment of tde oéthe child, the needs of

each member of the family, and of the family asheb. This must be subject to
ongoing review and not occur only in crisis sitaas. It is particularly important in
association with episodes known to increase tlesstxperienced by the family.

* In addition to a care-plan for the child, a fanabre-plan which addresses the needs
of the family should be developed. Best practiaggssts that such a care-plan should
be genuinely multi-disciplinary and have a multeagy focus (ACT, 2003c). In
addition to addressing the needs of the familyiamgtoving family quality-of-life
such a care-plan would foster effective multi-ageworking and collaboration.

* This assessment should include the unique streagthsapabilities of each family.

10.3.4 Addressing Insufficient Services
Providing care and support to young children wifa-limiting neurodevelopmental

disabilities can be both physically and mentalljzaxsting for mothers. Families need

appropriate support to sustain and support thettneim caring role, not only in times of crisis
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but on a day-to-day basis. Parents need servicesugports that are accessible, timely, and
useful. They do not need to be wasting time andggrthat would be better spent on their
child and family battling for services and equipmirat are more trouble than they are

worth.

There were many areas of insufficient servicestitied in this study. Mothers reported, and
health care providers acknowledged, that curresgtyices are simply not sufficient to meet
the needs of these children and their families. fdeevy reliance on charity services to
address this gap was acknowledged by both by ne#ret service providers. Parents
identified the negative impact this had on bothahid and the family, while service
providers reported that in order to address tlsisgdservices to children and families needed
to be rationed. Parents expressed a need for meragpeutic and support services of all
types, and an urgent need for respite servicesapyort services including practical support

in the home.

Consistent with the recent revidRespite Services for Children with Life-Limitingr@iions
and their FamiliegIrish Hospice Foundation & Children’s Sunshine Hpra011) the need
for more, and better, in-home respite for motheas wbvious in this study. This was not an
uncomplicated issue however, and several challernges identified in association with this
issue. These were principally related to the coripl®f the child’s care which resulted in a
difficulty obtaining qualified carers, and the laaskavailable qualified carers resulted in the
provision of respite when it was available ratlamt when it best met the needs of the
family. In addition lack of night-time respite wparticularly problematic for families whose
child required round-the-clock care. It may be #itgrnative models of service provision
need to be considered to address this issue in@rgdy meaningful way. Precious and
limited financial resources may be better spemt aonsumer-based model of respite
provision, whereby mothers were provided with tharices to purchase their own respite
(through a nursing agency or other organisati@thar than the current service based model.
Such a model could also be applied to the provisigeractical support services such as
home-help or home-support workers, whereby motbeutd negotiate directly with the
individual the hours that would best suit the claifd family and the role that the support

worker would perform.
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Despite the high levels of emotional stress amatigsinothers in this study, psychological
support services for these parents, and siblimgs;arently insufficient. The lack of such
services was identified as a deficit by the motletkis study, and confirmed by the service
providers. There are no studies exploring the loigen consequences of the emotional
burden of caring for a child with a life-limitingenrodevelopmental disability. However it is
possible that failing to intervene appropriatelyatearly stage may result in the need for a

greater number of resources in the long term.

Recommendations
* There is an urgent need for more services of pdy This includes therapeutic and

in-home support services. Given the difficultiesatsated with obtaining qualified
carers alternative models of service provision megd to be explored.

* Psychological support services for parents andhgiblshould be developed.
However, the lack of evidence to support the effycaf any particular model or
intervention to address this issue would suggexdtttiis can only be developed after

appropriate and relevant research has been undertak

10.3.5 Addressing Service Deficiencies
In addition to insufficient or absent services,quas also identified deficiencies in the

services that are available. In their experiencgsaig services parents’ reported difficulties
with information and access, coordination and ira&gn of services, and bureaucracy and
delays. Many of these difficulties were also opeatinowledged by service providers.
Mothers described these challenges as an additmwlsignificant source of stress and
burden. Hewitt-Taylor (2005) suggests that, paltéidy in the home environment, the lack
of coordination between services can overwhelmrgarén addition, Glendinning & Kirk
(2000) suggest that where communication is pooerga may feel that they are the only
liaison between services and individuals which dités to add to their confidence in the

service.
The need for a designated key-worker for every lianaring for a child with a life-limiting

neurodevelopmental disability is apparent in @bst of this study. It was identified as a

deficit by both mothers and health service prosgdbas previously been identified as a
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requirement by Quinat al (2005), and forms part of the current policy fmproving care

for children with life-limiting conditions (DOH&C2010). Mothers who had a key-worker in
this study identified it as a resource that workedl for them. The advantages of a
designated key-worker for families are multitudbeTprovision of a designated key-worker
for all families has the potential to address mafhe deficits and on-going challenges that
mothers experience on a daily basis includingptfoeision of information about services
and entitlements, improving access to servicesduoating the services the child receives,
and acting as a support and resource for parémteuld also address the problems that
mothers report in relation to continuity of care tlee child and family, and may improve
family assessment if the key-worker was availabléhe family over the course of the child’s
and family’s journey. A designated key-worker mi#goaeduce the challenges that mothers’
reported in relation to the communication difficest they experienced with the health

professionals and service agencies involved ircéine of their child.

Recommendation
» Every family caring for a young child with a lifeéditing neurodevelopmental

disability should have a named designated key-waksigned to work with them on

an ongoing basis.

10.4 Key Policy Recommendations
While some of the difficulties and challenges exg®red by parents in this study can be

addressed at the local level of service provisih@ne are others that require intervention at a
higher policy level.

10.4.1 Funding Issues
In its policy documen®Working for Children and Families: Exploring Goodaetice

(DOH&C, 2004) the Department of Health and Childpeopose that services to children and
their families must have adequate resources to thegtobjectives, and that in order to be
effective services need to be responsive to neeith®& of these aspirations appears to have
been achieved in the context of the children andlias in this study where consistently
parents and service providers report that sendoesinderfunded and not sufficiently

resourced. In this context the issue of funding l@sdurcing services to this group of
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children and their families needs to be reconsuiér¢hile some of the findings of this study
highlight the need for better ways of working, asdsuch have minimal fiscal implications,
it is impossible to avoid the fact that that pases#periences of using services, and health
professionals experiences of providing serviceggsst that there are simply not enough
services available to meet the needs of this ptipalaf children and their families. No
amount of creative adaptation of current serviadsetter ways of working can alter this

deficit without additional funding.

Obviously funding of services is contingent upoa tiscal resources available, and certainly
in the current climate these are severely limitdolwever, failure to sufficiently fund

services to this vulnerable group of children arertfamilies at this stage may in fact have
implications for service usage in the future, mararly if, as mothers suggest lack of
services negatively impacts on the child’s conditmd causes considerable stress for
families. In addition it likely contributes to tipeevalence of psychological morbidity
experienced by the mothers in this study. The asleniged dependence on charity services
to meet the needs of this group of children and taeilies needs to be questioned. It is
possible that the financial resources availabkaigcharity will be negatively impacted by
the same climate of financial austerity that hasilted in the scaling back of other health
services. The consequences of this for this pojulatf children and their families would be

severe.

Recommendation
* Funding of services needs to be reconsidered indhtext of the impact the lack of

services is having on this group of children arertfamilies.

10.4.2 Issues of Inequality
The limited services that are available to childneth life-limiting conditions and their

families are neither equitably nor fairly distriedt This is the perception of service
providers, and the experience of parents, bothhafnwvreport that the services currently
available depend to a large extent upon wherelithe and family live. This represents a

fundamental ethical and moral issue at the pobegl that needs to be addressed. There is
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little point in having additional services if therefits that such services bring are not

universally available to all children and familieho need them.

It is possible that a number of factors contrilioténis situation: the relatively small numbers
of children and families involved; the various congtions of statutory, voluntary and
charity service provision; the lack of any real iboation of services at a national level; and
the absence of any agreed standards against whimbdsure service provision. Regardless
of the cause, this is a service issue that neebls tmidressed and services to these children
and their families should be apportioned on theshafsthe individual needs of each child

and family.

In order to achieve this an objective, standardmedsure of need is required. This
requirement for such a measure is particularly @bwin the allocation of in-home support
services such as respite and home support houner@ly these services are allocated on an
arbitrary basis, dependent upon what servicesogadly available, and what funds are locally
available. Mothers report in-home support servibas are erratic and can be reduced or
withdrawn without notice or explanation. While arslardised measure of need will not
improve the limited services that are availablaaty provide the basis for a more equitable
distribution of these limited resources at a ldeaeél. It could also be used to identify
deficits, or inequalities, at a national level dnhdrefore form the basis of additional resource

allocation.

Recommendation
* A standardised, objective measure of need shouttebeloped, and used as the basis

of resource allocation, so that every family cafimgyoung child with a life-limiting
neurodevelopmental disability would have equal sste the support services
necessary to sustain them in their caring role.

* National or regional coordinators of care for cteld with life-limiting conditions
should be appointed to ensure equitable and unifovision of services that are

appropriate to the needs of each individual child &amily.
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10.4.3 Involving Parents in Service Planning and Ev  aluation
Gardneret al (2001) suggests that defining outcomes intendedHibdren and their families,

and specifying the services to be provided to rtieete outcomes, is the foremost purpose of
any service delivery system. The findings of thiglg support previous research (Hunt,
Elston and Galloway, 2003) in suggesting discrepaws between parents and service
providers in relation to how services work to mibet needs of families, and in relation to
which services are required to better meet thesdsidMeeting the needs of these children
will continue to challenge multiagency working asmavulnerable children with life-

limiting neurodevelopmental disabilities continoesurvive. In the context of limited
resources, and to ensure services are effectivee@ting the needs of those they were
designed to serve, parents should be involvedeplanning and evaluation aspect of service
provision. Whittonet al (2008) suggest that this is particularly usefuldientifying local

solutions to any structural inter-agency barriers.

Recommendation
» A strategy should be developed to involve parentervice planning and evaluation.

The previous sections of this chapter have recordeachanges that are required to
improve the provision of services to children wifa-limiting neurodevelopmental
disabilities and their families based upon theifigd of this study. Although some of these
recommendations require additional fiscal resouatksrs simply require better methods of
multi-agency working and a different service or&ian, neither of which have major cost
implications. Some of these findings of this stadg not new and support previous research
undertaken with similar populations of children dheir families in a variety of international
service contexts which suggest that the problempemenced by these families are universal.
However, this study has identified that while thare many aspects of family stress that
service providers cannot change, they do have agggpportunities to foster parents’
resilience by providing them with the support theguire to continue to care for their child
at home. In this respect the study has identifisdexific focus for intervention with these
families. Understanding the distinctive aspectstdss related to caring for a child with a
life-limiting neurodevelopmental disability, suck #the considerable burden of care, living

with chronic uncertainty and change, and mothegoimy struggles for services and for
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validation of their expertise can offer insight®abexperiences that occur beyond a

professional’s normal gaze or personal interactitis a family.

This study has also identified the unique oppotjuinéalth professionals have to mediate
many of the avoidable stresses that are a panesktfamilies’ journeys. If, as the parents in
this study suggest, professionals in multidiscgaiynsystems provide comprehensive and
coordinated services with both competence and cssipa, the reality of parenting a child
with a life-limiting neurodevelopmental disabiliyould not change, but the experience
would include fewer avoidable stresses, and metieig child’s needs would be

considerable less challenging for parents.

Although every effort was made to conduct this gtundas rigorous a manner as possible the
study was not without the limitations previouslgalissed. Future research can address these
limitations, and expand the findings of the studdg ¢heir implications for practice. The final
section of this chapter makes recommendationsufaré research with this population of

children and their families.

10.5 Directions for Future Research
Liben, Papadatou and Wolfe (2008) suggest thaether many more questions than answers

about how best to care for children who will prolyatie before adulthood, and while this
study had attempted to address some of these idsresare critical areas yet to be explored.
There is relatively little known about this popiga of children and their families over the
course of their journey. Studies exploring youngdrkn with life-limiting conditions and

their families have tended to be either descripgualitative designs, or cross-sectional
survey designs. More longitudinal research is néédexplore the needs of these children
and their families over the course of the cariagettory.

In particular research is needed to explore thebididy experienced by the children and its
management over time. There is also a need to exfiie end-of-life care trajectory for
these children. This is particularly important nier to establish the need for, and potential
benefits of, providing specialist palliative caex\sces to this population of children and

their families.
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There is also a need to explore the long-term apreseces of care provision on families.
While there is a considerable volume of researgipstiing the high levels of stress
experienced by families caring for children wittedlimiting conditions or complex needs
this is cross-sectional in nature, subsequentltmsequences of this chronic stress for the
family in the longer-term is not known. In additjidhere is little research exploring the
experiences of siblings of young children withif@iting neurodevelopmental disabilities,
or indeed the siblings of children with any lifesiting conditions. This is an area that also

needs to be addressed.

There is a considerable volume of research meaglwoirdescribing, the psychological
distress and emotional strain experienced by psudrthildren with life-limiting conditions.
However, research on appropriate interventiondléwiate this is largely lacking. Although
difficult to design (the small size of the poputetimakes conducting randomised trials
difficult) there is an urgent need for addition@search exploring the efficacy of different

forms of intervention to support parents in tharezgiving role.

There has been concern that, within the growingrast in parents’ perspectives in paediatric
palliative care, the research does not equallgcethe experiences of mothers and fathers
(MacDonaldet al, 2010). Additionally, in an analysis of curreriefiature on the experience
parenting children with health problems, Pelattadl (2007) conclude that fathers and
mothers experience this ordeal differently. Theredrtainly al lack of research studies
exploring fathers’ perspectives and experiencekarcontext of young children with life-

limiting neurodevelopmental disabilities. This ga®eds to be addressed.

10.6 Conclusion
Current national health and social policy (DOH&®©,1R) is consistent with international

recommendations in proposing home as the optimacepdf care for all children with life-
limiting conditions regardless of the complexitymature of the child’s care (Dangel, 2002;
Radbruch & Payne, 2009). However, caring for acchiith a life-limiting
neurodevelopmental disability at home is an exttmary challenge and takes remarkable

commitment on the part of the caregivers, printypalothers. The level and complexity of
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the care required is prodigious, and families rtedthve support from a cohesive family

intervention plan to buffer the stresses that contbt arise.

Research literature would suggest that the expaziehstress is a shared and ubiquitous
experience for all parents of a child who haselirhiting or complex medical condition or
severe disability. Unless cures are found for laildhood life-limiting conditions and
complex disabilities this inexorable journey okstg, that becomes an inevitable part of a
parent’s experience of caring for their child, cainpe changed. Service providers cannot
alter the devastating fact that a child has alirfeting neurodevelopmental disability, nor
can they change the fact that parents deeply Indenerry about their children. These
sources of stress are unavoidable. However paa¢ésdgeport significant stress associated
with trying to obtain both the care and services their child needs and the resources
required to sustain them in their caring roleslpossible for many of these avoidable and
unnecessary stresses to be mediated or even ataieatirely for families. So while health
professionals cannot change the stressful redligyatild’s condition, they can have a
positive impact on how that reality is experienbgdgroviding the support and services

necessary to assist parents in their caring role.

Services providing care to this population of cleldand their families face many complex
issues including issues related to funding, compatiun, and coordination and integration.
What is required is an integrated set of servibasaptimise the use of limited resources and
coordinate to address the unique needs of eadh ahd family. Creative adaptation of
current services, to provide high quality, coortitsband comprehensive care to this
vulnerable population of children and their fanslimay better meet their considerable needs

that the introduction of additional and costly Spbst services.

This chapter has provided a summary of the keyirigglof this study. These findings

achieve the overall aim of the study which wasrtwvjale a detailed and reliable evidence
base related to the current health system astaiperto children with life-limiting
neurodevelopmental disabilities and their familBased on these findings recommendations
for practice and policy were made with a view t@ioving services to this population of
vulnerable children and their families and subsatjyémproving quality-of-life and family

outcomes for all involved.
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