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Abstract: As many children’s life-limiting illnesses (LLCs) are now often viewed as curable,
there is an inevitable tension between providing good treatment and addressing patients and
their families’ needs. For healthcare providers to provide optimal care, they must understand
parents’ experiences of illness. Therefore, this article provides a meta-ethnography of
parents’ experiences of their children’s LLCs by examining the findings of existing IPA
studies. Seventeen studies were included, which allowed the development of a conceptual
model. Two multifaceted concepts emerged from the data, namely living in a bounded and
polarised space and living in a collapsed time, and these are discussed with reference to their
sub-concepts. Recommendations for future research and practice are provided.
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1. Introduction

The Royal College of Paediatrics and Child Health (RCPCH), in collaboration with the UK-
based Association for Children’s Palliative Care (ACT) defines the concept of life-limiting
conditions (LLCs) as those for which there is no reasonable hope of cure and impose limits
on a person’s quality and/or quantity of life (RCPCH/ACT 2009). Life-threatening conditions
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are those for which treatment may be feasible, but can fail. Hain et al. (2013) developed a
directory of life-limiting conditions that comprises a list of nearly four hundred ICD10 codes
associated with diseases that can limit life in children. A condition is defined as life-limiting
if its course can potentially be described by at least one of the archetypes set out in the
ACT/RCPCH (2009) guidelines: (a) conditions for which treatment may be feasible but can
fail or when palliative care may be necessary due to unsuccessful treatment or during an
acute crisis, irrespective of the duration of the threat to life (e.g. cancer, cardiac anomalies,
irreversible organ failures of heart, liver, kidney from anorexia, coeliac disease-related
morbidities as oropharyngeal and oesophageal cancers); (b) conditions where premature
death is inevitable but there may be long periods of intensive treatment aimed at prolonging
life and allowing participation in normal activities (e.g. Duchenne Muscular Dystrophy,
cystic fibrosis); (c) progressive conditions without curative treatment options, where care is
solely palliative and commonly extends over many years (e.g. metabolic or
neurodegenerative conditions) and (d) irreversible but non-progressive conditions causing
likelihood of severe disability and premature death through complications (e.g. severe
cerebral palsy, multiple disabilities following brain or spinal cord injury, complex health care
needs and a high risk of an unpredictable life-threatening event or episode). These conditions
have varying morbidity, however they share the commonality of probable reduced lifespan
and possible or certain early death. While this classification serves the purpose of planning
and needs assessment, not all children in these four groups need active palliative care
throughout the trajectory of their medical condition. For example, some children in the
second group, may have long periods of relatively good health and whilst being seriously
disabled may not need active palliative care. Others may need active palliative care from an

early stage (RCPCH/ACT 2009).



LLCs render the child or young person increasingly dependent on parents and carers even if
palliative care is not provided. As for many life-limiting illnesses the treatment is now often
viewed as feasible, there is an inevitable tension between providing good treatment and
addressing patients and their families’ needs. The difficulty of the treatment process lived
simultaneously with the hope of relief from the disease often leads to conflicting

psychological states among patients and their caregivers.

One of the aims of interpretative phenomenological analysis (IPA) in healthcare is to
understand and make sense of the experience of illness, and the complex processes involved.
IPA has been used extensively within health psychology. Recently there has been a growing
corpus of IPA research examining parents’ experiences of their children’s LLCs. However,
this research proliferation can make it difficult to use this knowledge in practice. Since the
physical impact of the diagnosis is seen as an immediate target for intervention, diagnostic
and treatment protocols frequently omit to address how children’s diagnoses might impact on
their parents’ experiences as caregivers. Additionally, it is difficult for busy healthcare
practitioners to review the extensive literature (Burgess et al. 2005). Recent data suggest an
increasing incidence of paediatric LLCs (Collins et al. 2016). There is a growing need to
support caregivers who tend to their children’s healthcare needs for extended periods of time.
Despite bearing a heavy responsibility for the child’s personal and nursing care
(RCPCH/ACT 2009), family members may cope with changes in life associated with the
diagnosis (Cederborg et al. 2011; Eatough et al. 2013). There is a need of further education of
healthcare professionals and family practitioners with regard to parents’ experiences of caring
for a child with an LLC so that effective psychological interventions and support channels to
empower them and reduce the care giving burden can be developed (Brewer et al. 2007;

Eatough et al. 2013).



The aims of this meta-ethnography were: (i) to provide an in-depth assembly of the current
state of knowledge around parents’ experiences of their children’s LLC; (ii) to understand the
impact of healthcare services on parents’ experiences, and (iii) to contribute to the
development of methods for IPA research synthesis. By pulling together and interpreting IPA
findings from across different settings, this study aimed to move beyond the description
(Mays et al. 2005) of parents’ experiences and healthcare services and generate a conceptual
model (Tong et al. 2012) explaining what it is like to have a child diagnosed with an LLC.
There has been no previous such attempt. The only identified meta-ethnography in this area
of research was published by Heinze et al. (2012) and examined the end-of-life decision
making of parents of children with cancer.

2. The method

A meta-ethnography approach was used to understand parents’ particular experiences of their
children’s LLCs. Meta-ethnography is an interpretive form of knowledge synthesis, proposed
by Noblit and Hare (1988) that aims to develop new conceptual or ‘metaphorical’
understandings. Although it has been argued that meta-ethnography is more suitable to
synthesise a small number of studies (Campbell et al. 2003; Hannes et al. 2012), the majority
of published syntheses using meta-ethnographic methods have included a number of studies
ranging from 3 to 44 (Dixon-Woods et al. 2007; Campbell et al. 2011; Hannes et al. 2012).
The method has been successfully used to synthesise qualitative studies focusing on
managing anti-depressants (Malpass et al. 2009), experiences of a traumatic birth (EImir et al.
2010), informal care for stroke survivors (Greenwood et al. 2010), breast cancer (Adams et
al. 2011; Banning 2011), dementia (Seitz et al. 2012) and parents’ end-of-life decision
making (Heinze et al. 2012). This meta-ethnography was structured according to the

Enhancing Transparency in Reporting the synthesis of Qualitative research (ENTREQ) (Tong



et al. 2012) and the Preferred Reporting Items for Systematic Reviews and Meta-Analyses

(PRISMA) (Noyes et al. 2015) recommendations.

2.2. Search strategy

Four electronic databases were searched: PubMed, PsycINFO, CINAHL and Science Direct.
Studies were included up until September 2017. Search terms available from the InterTASC
Information  Specialists’  Sub-Group  (ISSG)  Search  Filter ~ Resource  (see
www.york.ac.uk/inst/crd/intertasc/; accessed July 2017) were used to develop the search
syntax. Most of the databases included the following key terms: (docsubtype(FLA) or
docsubtype(SSU) or docsubtype(SCO)) and "Interpretative phenomenological analysis” OR
"Hermeneutic" OR "Heidegger" OR "Husserl" OR "Colaizzi" OR "Strauss" OR "Van Kaam"
OR "Van Manen" OR "Gadamer" OR "Ricoeur” OR "Spiegelberg" OR "Merleau™ AND
"qualitative research” OR "interview" OR "semi-structured” OR "in-depth™ OR "face to face"
OR "unstructured" OR "discussion™ OR "qualitative study" OR "focus group™ OR "group
discussion” OR "informal™ OR "fieldwork™ AND "purposive sampling™ AND "life experience"
OR "lived" AND "life-threatening condition” OR "limiting illness" OR "diagnosis” OR
"palliative care” OR "end of life" AND "parents” OR "children™ AND "English language™. The
search was augmented with hand searches of articles cited in reference lists and from relevant

review papers.

2.2. Study selection

Studies were included if they were (i) IPA studies exploring parents’ experiences of their
children’s LLCs and (ii) full text papers published in peer-reviewed journals. Studies were
excluded if they (i) did not include parents’ experiences; (ii) used other methods than IPA;
(iii) children’s illnesses were not life-limiting; (iv) explored parents’ experiences of

children’s death and grieving; (v) were not published in English language. In selecting the



relevant papers, the archetypes set out in the ACT/RCPCH (2009) and the directory of LLCs
developed by Hain et al. (2013) were used. Studies that explored parents’ experiences before

and after the child’s death were included if findings had been reported separately.

2.3. Data screening and extraction

Search results were collated in an Excel database and duplicates deleted, followed by initial
screening of titles. A priori inclusion/exclusion criteria were applied at this stage. Abstracts
of any titles retained were then screened. A second researcher (MM) screened the abstracts
and was involved in the quality appraisal of full-text papers. Any discrepancies were resolved

by consensus.

Data extracted from the articles included study details, such as: author, year of publication
and country, participants’ characteristics (number, gender and age), response rate, source of
participants, method and time of data collection, and children’s characteristics (diagnosis,
age, number and gender). Full replication of two key types of data as specified by Noblit and
Hare (1988) was used: (i) the literal participants’ experiences expressed in original quotations
in the papers (first- order data), and (ii) authors' interpretations and conceptualizations
(second-order data). In studies where data collection took place after the child’s death (e.g.
Reilly et al. 2008; Popejoy 2015), only data relating to parents’ experiences of illness while

the child was alive were extracted.

2.4. Quality appraisal

The Critical Appraisal Skills Programme (CASP) checklist (CASP 2010) was used to identify
and appraise methodological quality of the included studies. The quality appraisal process
was concerned with study rigor, credibility and relevance of the research question to the
meta-ethnography topic (Hannes et al. 2011). A second researcher (MM) was involved in the

quality appraisal. An agreed numerical score was assigned to each CASP question to indicate



whether it had (1) not been addressed, (2) been addressed partially or (3) been extensively
addressed. Each paper was given a score ranging from 10 to 30. However, studies were not
excluded from the review on the basis of the critical appraisal as a particular CASP cut-off
point has not been established for ratings of quality of qualitative studies (Campbell et al.
2003; Atkins et al. 2008; Pound et al. 2005). Nine studies were of high quality (Bezance et al.
2014; Brewer et al. 2007; Eatough et al. 2013; Glasscoe et al. 2008; Glasscoe et al. 2011;
Reilly et al. 2008; Thomson et al. 2014; Ware et al. 2007; Wright 2017). The remaining,
while judged lacking in some quality, were still considered to constitute valuable research

and contribute to the existing knowledge.

2.5. Analysis

The Noblit and Hare's (1988) seven stages of the meta- ethnography approach were used: (1)
getting started; (2) deciding what is relevant; (3) reading the studies; (4) determining how
studies are related to each other; (5) translating studies into each other; (6) synthesising
translations and (7) expressing the synthesis. A table using first- and second- order
constructs as rows and papers as columns was created to facilitate reciprocal translation. This
helped identifying whether constructs corresponded (“reciprocal synthesis”), contradicted
each other (“refutational synthesis”) or expressed different aspects of the topic under study (a
“line of argument synthesis™) (Saini and Shlonsky 2012). For example, if one study reported
that parents were struggling with little or no support from the healthcare team (Brewer 2007),
and another that they were gaining support (Wright 2017), these were considered refutational
and translated into a new construct incorporating elements of both (e.g. ‘hospital as a
polarised space’). However, if a third study (Hannan et al. 2005; Ware et al. 2007) suggested
parents found it hard to receive support initially but shifted over time to seeking, and finally
receiving support from the healthcare team, all three interpretations (Brewer 2007: little or no
support; Wright 2017: receiving support; Hannan et al. 2005; Ware et al. 2007: shift from not
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receiving to seeking support) were treated as reciprocal and translated into a construct
encompassing all three. Sub-constructs were also developed; for example, ‘getting external
legitimacy’ was subdivided into ‘trust and shared decision making’ with the healthcare team
(Glasscoe 2011; Popejoy 2015), ‘resolving or avoiding conflict with care providers’
(Thomson 2014) and ‘furthering education and learning the medical language’ (Schweitzer et
al. 2012; Reilly et al. 2008). These helped reconfirm the construct names in the final list and
explore the lines of argument. Preliminary overarching third- order constructs from the final
list of first- and second- order constructs evolved. All third- order constructs were checked
back against (i) the first- and second- order constructs and (ii) the original articles to ensure

accuracy and sufficiency. Table 2 describes the constructs supporting the model.

3. Results

Titles of 910 papers were screened, out of which one was a duplicate. In total, 909 titles and
abstracts were screened for relevance. Of these, 829 did not meet the inclusion criteria.
Therefore, 80 full manuscripts were obtained. Of these, 49 were non-IPA studies (e.g. Baird
et al. 2016; Gomez-Ramirez et al. 2016; Hocking et al. 2014), three studies were systematic
reviews (e.g. Xafis et al. 2015) and other three included parents of children with non LLCs,
such as chronic pain (Maciver et al. 2010) and Autism Spectrum Disorder (Martins et al.
2013; Burrell et al. 2017). Two studies reported data from other family members (Cowan
2014; Sand et al. 2010), one explored the experience of death and dying and another one
included an irrelevant topic. Yet another manuscript was not a journal paper. Finally, 17
papers met the inclusion criteria. The process of identification and selection of papers and

PRISMA flow chart of article inclusion is outlined in Figure 1.

[figure 1 here]

3.1. Characteristics of included studies



12 studies were conducted in the UK, one in Sweden and another one in different countries of
Europe; two in Canada and one in Australia. 235 parents were interviewed and data were
collected through semi-structured interviews in all studies. Both parents attended the
interviews in 10 studies. Six studies reported findings from mothers (Glasscoe et al. 2008;
Reilly et al. 2008; Glasscoe et al. 2011; Whitehurst et al. 2011; Bezance et al. 2014; Popejoy
2015) and one from fathers (Ware et al. 2007). Children were diagnosed with different LLCs,
such as: acute liver failure (Wright 2017), fetal alcohol spectrum disorders (Whitehurst et al.
2011; Coons et al. 2016a; Coons et al. 2016b), anorexia nervosa (Bezance et al. 2014;
Thomson et al. 2014), cancer (Hannan et al. 2005; Schweitzer et al. 2012), stroke (Jones et al.
2012), cystic fibrosis (Glasscoe et al. 2008; Glasscoe et al. 2011), Juvenile Huntington'’s
disease (Brewer et al. 2007; Eatough et al. 2013), coeliac disease (Cederborg et al. 2011),
and others generally named LLCs (Ware et al. 2007; Popejoy, 2015). The study published by
Reilly et al. (2008) focused on the experiences of mothers who lost a child with an
intellectual disability. Diagnoses and causes of death included: cerebral palsy, profound and
multiple intellectual disabilities, Down syndrome, global developmental delay, leukaemia,
liver failure, degenerative conditions, septicaemia and epilepsy. For the purpose of this study,
only the themes exploring parents’ experiences when the child had been alive were used. The
extracted data from each of the primary studies and second-order concepts (superordinate

themes only) are presented in Tablel.

3.2. A conceptual model of parents’ experiences

Two multifaceted concepts emerged from the literature: (1) living in a bounded and polarised
space and (2) living in a collapsed time, as shown in Figure 2. The studies all related to one

another through contribution to the following key concepts.

Key concept 1: Living in a bounded and polarised space



This key concept refers to parents’ caring experiences, and the interaction with healthcare
professionals. Life was perceived as a paradoxical and ambivalent continuum where hospital
and home were two opposite poles. Within this key concept, six concepts were identified:
struggling to define boundaries of family intimacy, difficulty to get external legitimacy, lack
of trust in services and disappointment, little or no direct professional support, strategies to

continue life, and personal growth.
[table 1 here]

In three studies (Hannan et al. 2005; Brewer et al. 2007; Jones et al. 2012) parents described
the experience of feeling less independent, due to theirs and their children polarised needs for
privacy. In hospital family routine was disrupted and caring for the child, even at home, was
a challenge. Visiting staff were perceived as part of the family or as intrusive (Brewer et al.
2007). Families managed their tensions by negotiating independence; while mothers
experienced a strain between caring and an overwhelming urge to overprotect, fathers often

wished the ill child was actively involved in the care process (Jones et al. 2012).

Six studies described parents’ difficulty to get external legitimacy, as their role in the care
process was questioned (Brewer et al. 2007) or their concerns were not taken seriously
(Cederborg et al. 2011; Bezance et al. 2014). Parents disapproved of how their situation was
contained by primary care professionals (Thomson et al. 2014) and how authorship of the
child’s plan for future was assumed (Glasscoe et al. 2011). However, medical team taking
away end-of-life care decisions from parents released some burden from themselves (Popejoy
2015). Being part of the treatment process was essential: “You can’t ignore the parent and the
parent’s feelings. They have to realize how powerless you are. That actually you don’t

necessarily want that power to be taken, to be further eroded’ (Brewer et al. 2007).
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Some parents’ expectations regarding care have not been fully met and six studies reported
themes relating to the concept of lack of trust in services and disappointment (Ware et al.
2007; Thomson et al. 2014; Reilly et al. 2008; Hannan et al. 2005; Eatough et al. 2013,
Coons et al. 2016b), while one study described parents’ need of trust in the care team
(Glasscoe et al. 2011). Perceived inadequacies of professionals, diagnosis and follow-up after
diagnosis, poor communication across services (Ware et al. 2007; Reilly et al. 2008), parents’
avoidance of conflict and a fear of betrayal by approaching services (Thomson et al. 2014)
added to their stress: "No one was meeting me in that conversation (...) And because that,
because | was finding difficulties in having that conversation with professionals | was feeling
I couldn’t really have it with my friends or family’ (Reilly et al. 2008). Parents felt that
information was being withheld from them (Hannan et al. 2005). However, the relationship
with the medical staff was crucial (Glasscoe et al. 2011). Although some families were very
appreciative of physicians’ support and service provided (Coons et al. 2016a), there was an
expressed concern regarding professionals’ lack of knowledge and understanding of the
diagnosis (Eatough et al. 2013; Coons et al. 2016a). The need of further education was
highlighted: ‘Doctors and nurses...all need to be educated. Even if they think they don’t need

to be educated, they need to be re-educated’ (Coons et al. 2016b).

Five studies reported themes relating to delayed advice (Brewer et al. 2007), struggle to
access the right help (Bezance et al. 2014), the need of night-time respite and concerns
around out-of-hours support (Hannan et al. 2005), lack of provision from professionals and
services that understood the diagnosis (Whitehurst et al. 2011), bureaucracy, rare
opportunities to discuss the diagnosis and its implications after the initial shock and
insufficient support or follow-up following diagnosis (Ware et al. 2007). Knowing that a
member of the healthcare team was there for them was reassuring: ‘I felt like that in the

darkness somebody was holding my hand’ (Brewer et al. 2007). Fathers felt that
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appointments were held at inflexible times and involved long periods of unnecessary waiting.
They were not given equal opportunities to meet the healthcare team (Ware et al. 2007).
Parents’ expectations regarding how their children would die were not realized and symptoms

were not properly controlled (Hannan et al. 2005).

[figure 2 here]

Eleven studies explained parents’ strategies to continue life: getting external legitimacy
(Glasscoe et al. 2011; Popejoy 2015; Thomson et al. 2014; Schweitzer et al. 2012; Reilly et
al. 2008), gaining support (Wright 2017; Ware et al. 2007; Reilly et al. 2008; Hannan et al.
2005; Eatough et al. 2013; Schweitzer et al. 2012), advocating for children and lobbying for
improved services (Ware et al. 2007; Glasscoe et al. 2008; Coons et al. 2016a) and being
altruistic (Schweitzer et al. 2012; Ware et al. 2007). Some parents felt responsible for the way
their children were in the world and lobbied for improved services, advocated for their
children, particularly at school, and even tried to educate their children’s teachers (Schweitzer
et al. 2012; Coons et al. 2016a; Ware et al. 2007). Part of being able to manage their child’s
illness involved learning and understanding the medical terminology (Schweitzer et al. 2012).
Some parents navigated on the internet to find solutions for certain situations (Brewer et al.
2007) or locate available supports (Coons et al. 2016a). Others sought to get ownership of the
care plan by increasing child’s autonomy (Glasscoe et al. 2008; 2011) or not allowing the

school to make decisions without consulting them (Coons et al. 2016a).

Six studies outlined themes that pertained to parents’ personal growth: what and how to value
in life (Ware et al. 2007; Popejoy 2015) and becoming more mature, caring and positive
(Reilly et al. 2008; Thomson et al. 2014; Coons et al. 2016a). Parents re-evaluated their
priorities and reconsidered what was vital to them individually and as a family. There was a

new sense of what happiness meant (Schweitzer et al. 2012).
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Key concept 2: Living in a collapsed time

This key concept gives an account of how parents experienced loss in their inside and outside
worlds. Within this key concept seven concepts were identified: alienated self (Eatough et al.
2008; Glasscoe et al. 2008; Ware et al. 2007), dilemma over competing role demands
(Glasscoe et al. 2011), forgotten or diminished sense of own identity (Bezance et al. 2014;
Wright 2017; Ware et al. 2007; Whitehurst et al. 2011), no sense of normality and intimacy
(Bezance et al. 2014; Ware et al. 2007; Brewer et al. 2007), feeling emotionally and
physically overwhelmed (Bezance et al. 2014; Wright 2017; Whitehurst et al. 2011; Ware et
al. 2007; Thomson et al. 2014; Glasscoe et al. 2008; Eatough et al. 2013; Popejoy 2015;
Jones et al. 2012; Schweitzer et al. 2012), no contemplation on future (Eatough et al. 2013),
the paradox and ambivalence of living (Bezance et al. 2014; Ware et al. 2007; Thomson et al.
2014; Eatough et al. 2013; Glasscoe et al. 2008; 2011; Schweitzer et al. 2012; Cederborg et

al. 2011; Popejoy 2015; Jones et al. 2012; Reilly et al. 2008).

Parents in three studies (Eatough et al. 2013; Glasscoe et al. 2008; Ware et al. 2007)
described a feeling of self-alienation, and loss was experienced at two stages: at child’s birth
and diagnosis, and most relevant for this paper, the terminal stage of illness (Reilly et al.
2008). Parents suppressed their emotions or adopted a stoical attitude while dealing with loss
(Eatough et al. 2013). Fathers felt the pressure to maintain a public face of being strong and
masking their true feelings from others and from themselves, although privately they might
have been in turmoil: ‘And it is very tricky and sitting in a room with dads, all who want to

appear macho’ (Ware et al. 2007).

Some parents experienced the dilemma of not being able to provide treatment to their child
although they were trained professionals: ‘Even though I'm a nurse, I don't feel comfortable

giving him his IVs’ (Glasscoe et al. 2011). Diluting boundaries with their child was a difficult
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task, this giving them a sense of diminished own identity (Bezance et al. 2014). Many
elements of the adult world were out of parents’ control (Wright 2017). This made them feel

fearful and distressed (Ware et al. 2007).

Life was perceived as a battle, this leading to internal conflict. Parents found themselves in
positions that were incongruous with their instinctive parenting behaviour or made them feel
guilty for losing hope (Whitehurst et al. 2011; Popejoy 2015). The illness was perceived as
disempowering and dehumanizing and dominated parents’ thinking throughout the day. Some
parents felt like a slave by sacrificing their own lives to meet their children’s needs. They
found it difficult to define their identity or own sense of normality and intimacy, as their lives
were suddenly and irrevocably altered (Ware et al. 2007). Others felt unbounded and could
not enjoy their social life together (Bezance et al. 2014) or could not keep their boundaries
with the child: ‘But she was becoming like a mollusc to me. It was becoming difficult to

define who was her and who was me’ (Bezance et al. 2014).

The emotional and physical impact of caring was overwhelming: ‘I just stopped sleeping
[cries]. | was a complete wreck’ (Bezance et al. 2014). Some parents’ worlds were ‘turned
upside down’ before coming to terms with the diagnosis (Schweitzer et al. 2012). Others felt
hopeless and powerless: ‘I have lost my hope [crying]. This disease deprived me of joy of
life; there is nothing that could make me really happy’ (Eatough et al. 2013). There was an
expressed need from parents to be cared for: ‘they were our carers as well as X’s carers’

(Brewer et al. 2007).

Life was predominantly lived in the present, with no future plans, which very often gave
families a feeling of being placed outside the social world (Eatough et al. 2013). In addition,
there was a feeling of lived paradox and ambivalence. Sometimes mothers felt responsible for

the way their children were in the world while other times they put it all down to fate or

14



chance (Glasscoe et al. 2008). Further ambiguity was experienced when parents felt guilty or
responsible to make their child better themselves (Thomson et al. 2014). Although the child
was still alive, chronic grief was stemming from their sense of children’s loss: ‘It’s like
you’re grieving for your own child because a certain amount of your child has actually died.
You're seeing it every day, you’re grieving for it every day’ (Jones et al. 2012). The
ambivalence of living was augmented when parents were fearing or preparing for death
although their child seemed well, outwardly appeared to be no different to others or did not
need immediate treatment (Ware et al. 2007). Preparing for the child’s death on more than
one occasion was traumatic and stressful, and made future acceptance of the child dying

difficult (Reilly et al. 2008).

These inner conflicts led to a pervasive sense of loneliness and isolation from support: ‘I just
felt that...it was just me and her. And my family were just going away from it because they
didn’t know how to deal with it’ (Bezance et al. 2014). Isolation was experienced both within
the family and from the outside world (Eatough et al. 2013), mainly when people seemed to
protect themselves from the illness (Bezance et al. 2014). Family and friends were also a
reason of alienation as they were perceived as failing to understand the situation and being
less available or supportive than expected. Some parents felt betrayed, mainly when they
perceived stigma as their friends were not comfortable to talk about their child’s health-
related difficulties (Thomson et al. 2014). Parents’ lives and daily routine were organised
around the child’s care needs (Schweitzer et al. 2012), thus became painstaking and
repetitive: ‘I cancelled my life for her’ (Eatough et al. 2013). In this battle, parents tried to

make sense of their experiences, but they were unable to do so (Ware et al. 2007).

4. Limitations and strengths

4.1. Strengths and limitations of the literature
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The identified IPA studies allowed for an in-depth examination of parents’ experiences of
their children’s LLCs. This is a useful groundwork for future research and intervention.
However, there was a bias toward mothers’ opinions as only one study included responses
solely from fathers (Ware et al. 2007). Even in studies with mixed samples, the percentage of
mothers was considerably higher. Another study (Coons et al. 2016) reported on different
family members, all referred to as parents. There was a lack of cultural diversity among study
participants, as 14 out of 17 studies were published in Europe (12 in the UK). No study has
explored the experiences of parents from minority ethnic communities. Simultaneous
research focus is also needed to explore parents’ experiences of their children’s mental health

in relation to LLCs.

4.2. Strengths and limitations of the meta-ethnography

4.2.1. Research implications

English language was a selection criterion, and more than 50% of included studies were
published in the UK. Parents’ experiences of only nine LLCs were examined in these papers.
One limitation is that the findings may reflect a cultural bias and a limited healthcare
framework. In addition, the age of the children in some studies (fetal alcohol spectrum
disorder: 1-37 years, Coons et al. 20164, b; stroke: 27-46 years, Jones et al. 2012; Juvenile
Huntington’s disease: 9-24 years, Eatough et al. 2013) may have created a potential recall
bias or an inaccurate or incomplete recollection of their parents’ experiences when their
children were younger. Given the limited number of studies on the above mentioned
phenomena, this meta-ethnography has embraced a pragmatic approach. This is in line with
Pietkiewicz & Smith’s (2012) recommendations regarding group homogeneity in IPA
research on rare phenomena or difficult to contact participants. The Juvenile Huntington

Disease is a rare condition and at the time of data collection there was no evidence base for
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specific interventions (Eatough et al. 2013). People under 65 account for about 25% of those
living with stroke, and there is a lack of information regarding young adult stroke survivors

(under 65) and their carers (Jones et al. 2012).

4.2.2. Methodological implications

To author’s knowledge, this is the first meta-ethnography focusing on parents’ experiences of
children with LLCs and the first attempt to develop the contribution of IPA by synthesising
the findings of available studies in this area. Of particular relevance to this synthesis is the
emphasis on the idiographic origin of knowledge. Meta-ethnography is an interpretive form
of knowledge that involves a level of abstraction beyond participants’ experiences. Although
the author recognises that the method added another level of interpretation, the analysis and
synthesis processes have been rigorously conducted to allow the conceptual model be
grounded in the primary studies. All third- order constructs were checked back against the
first- and second- order constructs and the original articles to ensure accuracy and
sufficiency. Participants’ own words were also used to illustrate some key concepts. All
second-order and third-order constructs are presented in Tables 1 and 2 to ensure the
transparency of the interpretations. One limitation could be that this synthesis relies on the
data presented in each of the included studies which may not reflect the full analysis of the
original data. Another limitation refers to the high number of irrelevant papers identified in
the literature. This could have been avoided if initially the search focused solely on IPA, thus
excluding terms relating to other phenomenological methods or different methods for data

collection (e.g. semi-structured, face to face, in-depth).

4.3. Implications for practice

This meta-ethnography indicates that parents valued specialist knowledge and open

communication across services. Barriers in communication and lack of professionals’
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experience augmented parents’ difficulty of understanding their children’s illness. Some
parents accessed external support or furthered their education to understand the medical
language and diagnosis. This is one of the issues reported in a YouGov survey (2016) that
indicates that almost 55% of cancer carers in the UK do not receive any support at all. There
is a need for a multi-agency and collaborative approach to provide education and training in
order to improve parents and clinicians’ experience of care (ACT/RCPCH 2009). Some
recommendations for practice are highlighted in this meta-ethnography: (1) carers need to be
cared for and interventions should fit with the philosophy and values of their family (Brewer
et al. 2007); (2) palliative care should include services for carers who experience mental
illness relating to their roles, mainly those who feel isolated or stigmatised; (3) equal
opportunities for both parents to meet the healthcare team (Ware et al. 2007); (4) end-of-life
care discussions should take place prior to a life-threatening episode, as decisions at critical
times are difficult and are influenced by emotions (Popejoy 2015). Potential areas of
intervention were: parent-healthcare provider communication, collaborative treatment and
care decisions, family intimacy, validation as 'good parent’, support to plan goals for future,

and gender equality in support provision for parents.

4.4. The need for future research

As identified by other authors (Heinze et al. 2012), currently the majority of studies including
parents of children with life-threatening illnesses have been descriptive. Expanding IPA’s
applicability in more diverse racial, ethnic, socioeconomic, and geographic healthcare
contexts would contribute to a broader cultural understanding of service provision. Increasing
the use of IPA in the study of a broader LLCs framework would contribute to the
development of clinically sensitive interventions. In addition, more IPA research is needed to

understand the experiences of caring for a child living with and beyond specific illnesses (e.g.
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cystic fibrosis or Juvenile Huntington’s Disease), so that parents’ care roles and healthcare

implications are explored in their unique complexities.

4.5. Some methodological recommendations

No published guidance on how to update a meta-ethnography exists. In order to examine the
conceptual development over time of parents’ experiences of their children’s life-limiting
ilinesses, three possible approaches can be used: (1) adding to and revising the existing meta-
ethnography to incorporate new studies; (2) doing a synthesis of the new studies, then
comparing it to the original meta-ethnography; (3) starting the meta-ethnography from the
beginning by integrating the older and newer studies to create a single overarching synthesis.
The advantage of using the first approach is that the synthesis follows a coherent model,
rather than two, and can be efficiently used in practice; there is no arbitrary dividing time
between the meta-ethnography in original and update (France et al. 2016). The disadvantage
is that the update might be constrained or influenced by the original synthesis, and the
process might be challenging for a new team of reviewers if there is no access to the initial
findings. The advantage of the second approach is that the analysis process can be innovated
by grouping studies according to specific illnesses prior to synthesis.

[table 2 here]

This process can lead to new insights and a more complex model compared to the original
meta-ethnography. A potential disadvantage is that the findings from the original and the
updated meta-ethnography might not fully integrate, thus making the findings difficult to use
in practice. The third approach imposes more effort, however, according to France et al.
(2016) it can be used (i) to avoid the updated synthesis being influenced or constrained by the
original one; (ii) to avoid having an arbitrary dividing time between the bodies of literature in
the original and updated meta-ethnographies; (iii) to redesign the analysis and synthesis
process in the update; and/or (iv) to produce a single coherent model that can bring clinical
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contribution. Before deciding on which approach to use to update an existing meta-
ethnography, it is important to consider the sample of newly available studies. With a high
number of papers, starting from the beginning is not feasible. It has been recommended that
around 40 studies is the maximum number that can be synthesised efficiently. However,
previous syntheses have included over 70 papers (Toye et al. 2014). Computer-assisted
coding and extraction of themes may be a way to manage large datasets and help translate
studies into one another.
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