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Introduction
The organizational (multi-agency) context
Carmarthenshire County Council (CCC) is one of 22 unitary authorities in Wales, with statutory responsibility for a wide range of local services, organised under five directorates (Appendix 1).
Carmarthenshire sits with its neighbouring local authorities of Ceredigion and Pembrokeshire within the larger geographical footprint of their partner agency, Hywel Dda University Health Board (HDUHB  (Fig 1). 
[image: A map of the united kingdom

Description automatically generated]
Fig.1. Map: Welsh Unitary Authorities and Health Boards (www.wales.nhs.uk)
As statutory agencies, CCC and HDUHB have duties and responsibilities which are described in laws, regulations and codes of practice relating to their specific primary roles. 
Increasingly, multi-agency working has moved from being just good practice outlined in guidance, to the legally defined should and must of recent legislation (e.g. Welsh Gov 2014; 2017; 2018; 2021) (Appendix 2). 
In the early 2000s Carmarthenshire brought its two previously separate divisions dealing specifically with the needs of children, Social Services and Education, into one joint directorate called Education and Children.  
CCC and HDUBH established a multi-agency Complex Needs Panel and appointed a Coordinator for Children with Complex Needs (the Researcher) to coordinate provision for those children whose needs were of such complexity that they could not be met adequately by one or each agency acting alone.
Multi-agency working, and associated concepts such as person-centred planning, listening to the voice of the child, parent-partnership, co-production, and well-being are associated with the move towards a more holistic way of meeting the needs of children and families (Appendix 3).
However, as recently as 2023, Wallace and Garthwaite (p.8, 1.17) noted an absence in the literature of studies seeking to identify factors which lead to successful multi-agency working.
The proposed study is concerned with understanding how well Health, Education and Social Services are meeting the needs of children with Long Covid (LC) and Myalgic Encephalomyelitis/Chronic Fatigue Syndrome (ME/CFS) (Appendices 4/5).
These post-viral syndromes can be long-lasting (chronic) and disabling, and have a profound impact on a child’s access to education, quality of life, and future prospects (NICE, 2020; NICE, 2021; Webb et al, 2011, p.1; Speight, 2020; Warren-Gash, C., Lacey, A., Cook, S. et al.2023; Adams, 2024). Unfortunately, they are also conditions which are mis-/under-diagnosed and poorly understood across all agencies, and for which appropriate treatments are unclear (Brigden et al, 2017, p.1; Wise, 2016; Wild et al, 2024).
The proposed study is timely because of the current, wider socio-political context (Appendix 6).
Philosophical considerations
Denscombe (2021, p.38/39) describes a paradigm as “…a set of practices and beliefs about research” which reflect basic ontological and epistemological assumptions (about the nature of reality and how we can study it), and “…the purpose of the research and what it should be trying to find out”. 
Careful consideration of philosophical issues is an important part of research planning, and is of particular relevance here because:
1. Multi-agency working involves the collaboration of workers from different professional, academic and philosophical backgrounds, with ideas about good practice and the purpose of their work, how they relate to ‘clients’ (patients/pupils/children and families), and conventions and protocols derived from their training and embedded through their experience on the job. 
Relevant differences in philosophical approaches might include a leaning towards either the medical or social ‘models of disability’ (PHCO, no date; Bunbury, 2019, paras 4-9) and how the concepts of ‘illness’ and ‘disease’ are understood (Ventriglio, Torales & Bhugra, 2017; Carel, 2016).
1. Different professional traditions may have different views about what constitutes ‘good research’. Denscombe (2021, p.39) warns that the researcher needs to think how well the proposal will “be received by those whose opinions carry weight when it comes to decisions about whether the project should be allowed to proceed.” 
1. Progress in uncovering the aetiology of, and appropriate treatments for, ME/CFS (and, more recently, LC), has been dogged by controversy between those who hold to a primarily biomedical view of the illness and those who approach it from a bio-psycho-social paradigm (Monbiot, 2024)
 
Whilst there are obvious advantages to being an insider researcher (e.g. familiarity with ‘the system’, access to data and potential participants, established relationships and trust), the researcher needs to take a step back to examine, as objectively as he can, how familiarity with his professional training, work place culture and his own life experiences have contributed to the worldview he brings to the research, and his motivation in pursuing it. The researcher should “…make explicit the larger philosophical ideas they espouse..” (since) “..This information will help explain why they chose qualitative, quantitative, or mixed methods approaches for their research” (Creswell and Creswell, 2018, p.5).
According to Denscombe (2021, p.39) the question of objectivity  lies “…At the heart of the difference between paradigms…”. 
Galdas (2017, para 2) notes that in the health professions there is traditionally a positivist understanding of what constitutes ‘good research’ which gives prominence to the elimination of bias. However, he claims that the concept of bias is widely seen as “…incompatible with the philosophical underpinnings of qualitative inquiry…”, an approach more commonly associated with research in the social sciences. Instead,   “…concepts such as rigour and trustworthiness are more pertinent to the reflexive, subjective nature of qualitative research”.  
Appendix 7 summarises a number of paradigms relevant to the proposed study: positivism, interpretivism/constructivism, transformativism, feminism and pragmatism.
Main Findings
Methodological approaches
The methodological approaches and specific methods chosen must be able to provide answers to the questions being asked by the researcher and which underlie the motivation for the study (Appendix 8).
They fall broadly into two categories. The proposal is that the study should adopt a 2 phase explanatory sequential mixed methods approach (Creswell & Creswell, 2018, p.15) in order to address them effectively:
1. Phase 1: Scoping out the problem – gathering of numerical and other primarily  quantitative data;
1. Phase 2: Exploring the experiences and perceptions of children with LC and ME/CFS, their parents/carers, and the multi-agency professionals working with them (qualitative data).
Explanatory sequential mixed methods design involves, firstly, the collection of quantitative data, which is analysed, built on and further ‘explained’ by qualitative study. 
Convergent and exploratory sequential mixed methods designs were considered (Appendix 9). 

Phase 1: Quantitative studies 
Two major quantitative designs are experiments and surveys.
Experiment 
See Appendix 10
Survey
This is the research strategy proposed for Phase 1:
1. Phase 1.1: interrogation of existing databases
1. Phase 1.2: on-line self-completion questionnaires 
1. Phase 1.3: structured interviews 
Quantitative methodology often allows for the collection of large volumes of data relatively quickly and easily. However, in this study, there will be a number of pragmatic considerations which mean that data may have to be ‘dug out’ from various sources, before being collated and merged or ‘blended’. Kvale’s metaphor of “The Interviewer as a Miner” (1996, p.3) is appropriate here.
Phase 1.1 Database interrogation

Practical issues include:
1. No comprehensive single database - partial data held in different agencies 
1. LC and ME/CFS are not recorded consistently by any agency (Wise, 2021);
1. ME/CFS and “LC may be diagnosed late or not at all” ( Greenhalgh et al., 2022. p.1);
1. Inadequacy of training for GPs and other professionals (Muirhead, 2021);
1. Confidentiality rules may limit access to records.
The initial trawl of available database data will need to be augmented by data gathered from self-completion questionnaires circulated to relevant individuals / settings and structured interviews with key personnel, in order to gain as full a picture as possible of the scale of need.
Phase 1 is a cross-sectional study i.e. provides a snapshot of the data under scrutiny at a ‘moment in time’. 
This survey design has potential for replication across a wider geographical area (e.g. HDUHB, Wales) and for longitudinal study, the survey being repeated at later dates, using the same selection criteria, research instruments, administration arrangements, data collection and analysis methods. 
Poor internal validity is a recognised weakness of the survey.  However, since the aim of the proposal in Phase 1 is to scope out the problem, rather than establishing causal relationships the survey remains an appropriate design. 
Phase 1 will enable the identification of potential participants for the qualitative work of Phase 2.
Phase 1.2.  Self-completion questionnaires
Three on-line self-completion questionnaires will be designed for circulation to relevant professionals in Education, Health and Social Service i.e. those individuals most likely to hold or be able to access the relevant data:
1. ALNCOs  / School Nurses in Carmarthenshire primary/secondary schools, specialist settings; ALNCO Coleg Sir Gar; LA Manager Home Tuition / Education Otherwise Than At School / Elective Home Education (110 total)
1. HDUHB Paediatric Dept; HDUHB Designated Education Clinical Lead Officer (2) 
1. Schools Safeguarding and Attendance Team (1)
Why choose a questionnaire?
It is anticipated that data held centrally by agencies will be very limited, or patchy at best. Demonstrating that this is the case - if it is - has research value in itself, because it reveals a deficit that may need to be addressed as a recommendation arising from the study. 
The data relevant to Phase 1 of the study is most likely to be available in dispersed locations, held in different ways (e.g. school admin systems, ALN records) and ‘in the heads’ of, or accessible by, key individuals at those locations.
The questionnaire (Phase 1.2) is expected to be the main source of quantitative data in the study. 
A well designed self-completion questionnaire has several advantages as a research instrument because:
1. the researcher is in control from the start – decides what data is relevant to the achievement of the study’s aims and makes sure the questionnaire is designed to uncover it;
1. it ensures consistency –standardised data from identical questions;
1. it allows for pre-coding – (if electronic) automated data entry - relative ease/speed of processing and statistical analysis 
1. the researcher can specify a time frame for completion, but, within that, the responder can work independently, in their own time and at their own pace;
1. it reduces the risk of the interviewer effect (Denscombe, 2021, p235)
Poor response and completion rates, as well as problems with validity of responses, are risks which could jeopardise the value of the data gathered in this exercise. Pre-emptive and follow-up researcher action can mitigate them (Appendix 11). 
The questionnaires will include a core of closed questions common to all three designs, and questions specific to each agency’s role, to gather quantitative data about prevalence of LC and ME/CFS in children, known triggers, duration, trajectory and severity of the illness, school attendance, etc. At least one open question will be included for other comments.

Phase 1.3 - Structured interviews
The kinds of interviewee and data being sought are different in Phases 1 and 2 and call for different styles of interview.  
In Phase 1.3 the primary aim is to follow up on and plug any remaining gaps in the quantitative data from Phases 1.1 / 1.2 - i.e. to reach saturation, a concept usually associated with qualitative grounded theory (Bryman, 2008, p.542; Saunders et al, 2018) - but also to allow key professionals to bring to the attention of the researcher any relevant additional information which might feed constructively into the overall Phase 1 analysis. Therefore, the interview design will lean heavily towards the structured model for quantitative data collection, with a limited option for the inclusion of unplanned-for qualitative data. 
The Structured Interview allows for the standardisation of questioning and recording of responses (Bryman, 2008, p.193). 
Closed questions are favoured, participants being offered a limited choice of two or more options e.g. on a Likert Scale.  
Careful design of the interview schedule is essential: responses can be pre-coded, reducing the need for post-interview coding decisions which might introduce inconsistencies or bias, e.g. systematic bias (Malone, Nicholl & Tracey, 2014).
Phase 2 - Semi-structured interviews
Semi-structured and unstructured interviews represent a spectrum of techniques whose varying levels of flexibility lend themselves to the more effective gathering of non-numeric data on perceptions, values, and ideas, and are therefore more likely to be useful to the inductive, phenomenological ‘ground up’ approach of qualitative research, which aims to see the world through the eyes of the people being studied and, if possible, to ‘get under the bonnet’.
Denscombe notes that “This can be particularly important when dealing with such things as experiences of illness” (2021,p.134), as in this study.
As Carel (2016, p.1) says:
”It is not enough to see illness as an entity in the world that can be studied with the tools of science. In order to fully understand illness it also has to be studied as a lived experience”. 
The semi-structured interviewer will aim to ask all of the questions on the interview guide (although not necessarily always in the same order), but is free to ask add-ons and follow ups. He needs to adopt a “Deliberate Naivete” (Kvale, 1996, p.31), a bracketing off (epoche)(Thomas & Sohn, 2023) of his own preconceptions, and be ready to respond flexibly to the interviewee’s ramblings which may contain rich material relevant to the study.
The qualitative researcher is more concerned with promoting ecological validity (e.g. by conducting the interviews in the families’ homes) than issues of internal or external validity, or replicability (Bryman, 2008, p.33). 
A representative sample of children will need to be identified from those counted in Phase 1, using non-probability (because relatively low numbers) quota sampling (e.g. X% of children at each severity level) or purposive sampling (e.g. to provide a cross-section of experience) (Denscombe, 2021, pp.70-81).

Pilots

Pilots to test all Phase 1 and 2 research tools will identify shortcoming and allow for modifications prior to roll-out.
Data Analysis and integration

In this explanatory sequential mixed methods design, the quantitative data from Phase 1 is analysed first, and used to plan and inform the qualitative Phase 2 (sample selection, questions to be asked, etc.)  (Creswell & Hirose, 2019, p.1). Phase 2 results are analysed separately, before being integrated with the Phase 1 results via techniques including triangulation (Fig.3). 
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Phase 1: Quantitative data collection and stats analysis
) (
Identify results for follow up – select sample for Phase 2
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Interpret results – how qualitative explains
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Phase 2: Qualitative data collection and analysis
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Fig 3 Explanatory sequential mixed methods design (adapted from Denscombe, p.218)

Phase 2 interviews will be audio recorded and transcribed before the data is submitted to thematic analysis. 

The aim is not to merge the two sets of data, but for the qualitative to provide greater depth and insight into the quantitative (O’Cathain, Murphy & Nicholl, 2010). Different sample sizes prevent direct comparison. The aim of triangulation is “…to offset the weaknesses of each method, and challenge the biases that come from only one perspective” (Green & Thorogood, p.282).

Other research designs / methods 
Case study, focus group and action research were considered (Appendix 12).

Ethical considerations
If the proposed study is to be approved and supported by all the multi-agency partners (from whom data will be sought), the researcher will need to consult the existing codes of research ethics within Health, Education and Social Services (e.g. BSA, 2017; SRA, 2021; BERA, 2019: NHS, 2016), as well as UWTSD (UWTSD, 2022), to ensure compliance.  
Core values, such as honesty, integrity, accuracy, truthfulness, trustworthiness, and ‘Do no harm’ underpin good research. 
Extra care must be taken when working with children and families, especially when they may be vulnerable by virtue of disability or ill health, as in this study: 
1. Ensure appropriate DBS checks and consent forms are in place;
1. Anticipate that Phase 2 interviews may bring to the surface sensitive and emotional issues, -consider how upset can be managed / minimized (e.g. hold interviews in the family home) and how information can be shared / reported without breaching confidentiality (e.g. maintaining anonymity using codes / pseudonyms)
1. Recognise that children with LC and ME/CFS may struggle to sustain involvement in the interview process - interviews may need to be ‘chunked’ over more than one visit to avoid inducing  post-exertional exacerbation of symptoms (NICE, 2021, p.12). 
1. Ensure that participants are fully aware of the purposes of the study (via covering letter and verbal introduction), how their data will be used and stored (in line with GPDR), that participation is voluntary and consent can be refused or withdrawn at any stage (the child’s consent should be sought in addition to parent’s).
Conclusion
LC and ME/CFS are chronic, multi-system, potentially disabling health conditions which can have immediate and long-lasting implications for children’s well-being in terms of health, access to education, social development, and future prospects. Yet inconsistencies in how the conditions are understood amongst professionals across all agencies can lead to delays in diagnosis/mis-diagnosis  and inappropriate,  harmful or absent provision. Their complex needs require a joined up multi-agency response.
The proposal is for an explanatory sequential mixed methods research design:  Phase 1 to gather primarily quantitative data to scope out the problem, followed by a qualitative Phase 2 in which a sample of children with LC and/or ME/CFS and their families/carers are given the chance to talk in depth about their experiences of their illness, its impact on their lives, and the multi-agency response. 
Since there is no consistent coding or recording of these conditions either within any one agency or between agencies, a combination of methods will be needed to ‘dig out’ the Phase 1 data: starting with whatever is available on existing centrally held databases, added to by the results from questionnaires self-completed by individuals with access to setting-specific data, and structured interviews with key individuals to identify and plug gaps. 
A powerful way of improving professionals understanding of the impact of LC and ME/CFS on children, and how well they are doing, as professionals, in responding to their needs, is to listen to the voices of the children themselves and of their families, talking about their experiences and perceptions in their own words. This is the aim of Phase 2. The semi-structured interview provides the opportunity to target specific issues (e.g. symptomology, severity, school attendance, social isolation) which can be cross referenced to Phase 1 quantitative data, whilst allowing flexibly for other, sometimes unexpected/unlooked-for, but insightful, themes to emerge.
Recommendations
Topics for future research which would build upon the proposed study could include:
1. Replication across a wider geographical area e.g. all HDUHB / Wales
1. A longitudinal study 
1. The development of a multi-agency CPD programme 
1. An experiment / quasi-experiment 
1. Multi-agency recording protocol 
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Appendix 1: Carmarthenshire County Council – Organisational Structure
The Corporate Management Team, led by the Chief Executive, oversees the day-to-day operation of the council's services. The Council’s Corporate Structure is made up of five Directorates which are responsible for the following service areas:
 (
CHIEF EXECUTIVES
Chief Executive, Leader and Cabinet Support
Corporate communications
Corporate strategy
Democratic services
Electoral and registration services
IT
Legal services
People management and performance
Performance management
Regeneration and property
) (
CORPORATE SERVICES
Accountancy and financial management
Creditor payments
Corporate procurement
Internal audit
Payroll control
Pensions admin
Revenues and Housing Benefits
Revenue services
Risk management
Treasury management / pension investments
)


 (
PLACE AND INFRASTRUCTURE
Building control
Emergency planning
Environmental planning enforcement
Flood risk management
Highway infrastructure management
Passenger transport
Planning and conservation
Property/architectural design & maintenance
Public rights of way
Street cleaning, litter & grounds maintenance
Traffic management, road safety and car parking
Waste management & recycling
Engineering design
Fleet management
) (
EDUCATION AND CHILDREN (Joint LEA and Children’s Social Services)
Corporate parenting/Child welfare
Safeguarding children and YP
Family support
Fostering and adoption
Early Years childcare, play & education 
Learner Inclusion
Supporting learner behaviour
Transition arrangements and support for CYP with complex needs
School improvement & learner progress
Youth support service
Sustainable Communities for Learning 
School services: catering/music/admissions/governance
Welsh in Education 
Adult community learning
)





 (
COMMUNITIES
Adult safeguarding
Care & support
Home care
Housing repairs & maintenance
Independent living
Mental health and Learning Disability
Older people and physical disability
Carmarthenshire Home Standards
Cultural services
Environmental protection
Licensing
Outdoor recreation
Public protection
Sport and leisure
)













Appendix 2: Relevant Legislation and Guidance

1. The Children Act (Wales) 2004. 
1. Equality Act 2010
1. Social Services and Well-being Act (Wales) 2014. 
1. The Care and Support (Direct Payments) (Wales) Regulations 2015. 
1. Supporting Learners with Healthcare Needs. Welsh Government (2017). 
1. Additional Learning Needs and Education Tribunal Act (Wales) 2018. 
1. The Additional Learning Needs Code for Wales 2021. 
1. Children and Young People’s Plan. Welsh Government (2022)
1. Supporting People with Chronic Conditions. Welsh Senedd (2023)

Some children with LC and/or ME/CFS will be deemed to have additional learning needs as defined by the  Additional Learning Needs and Education Tribunal Act (Wales) 2018 and be entitled to access additional learning provision coordinated via an individual development plan (IDP). 
They may also be considered to have a disability as defined by the 2010 Equality Act, which requires that schools make reasonable adjustments to enable them to access education. 










Appendix 3: Multi-Agency Working

The West Wales Regional Partnership Board was established by the Social Services and Well-being Act (Welsh Government, 2014), to develop multi-agency working between these partner agencies at a strategic level. 
A shared desire for more ‘joined up’, collaborative working at both strategic and operational levels was nothing new.  
This decision reflected a determined move in Wales and beyond, to develop a more effective multi-agency approach to meeting the needs of children and their families, prompted by the publication of Every Child Matters (Boateng, 2003), the UK Government’s response to a series of high profile cases where the repeated failure of the statutory agencies to work in a ‘joined up’ way was judged to have contributed to the children’s tragic deaths.
Walker (2018,p8) offers this simple  definition of multiagency working at the operational level . It is:
“the idea of different workers from different agencies joining together with the shared aim of understanding, and then trying to solve or alleviate a problem”
He differentiates it from multidisciplinary and multi-professional work i.e. it has to be between workers from different agencies.
Walker (2018. p.1) explains that, following Every Child Matters (Boateng, 2003) there was “a major shift in practice and philosophy - from an essentially ‘silo’ based way of working towards a more fully integrated model…at both strategic and operational level”. 
Multi-agency working has become “…deeply engrained in practice”.   It should be a mindset, a way of approaching the holistic ‘team around the child’ (Siraj-Blatchford, Clarke & Needham, 2007) assessment of, and provision for, children’s needs, especially when those needs are complex. 
However, multi-agency working has many challenges, especially in periods of austerity, when there is a temptation for agencies to want to protect their own budgets by retreating from tasks where they have no clear no statutory duty.
The Welsh Government’s guidance on Supporting Learners with Health Care Needs says:
Multi-agency arrangements between education settings, healthcare professionals, social care professionals, local authorities, parents and learners are of critical importance. Healthcare needs policies and procedures should identify the collaborative working arrangements and demonstrate how they will work in partnership to meet the needs of learners with healthcare needs. (Welsh Gov, 2017 p.4)
Appendix 4: Long Covid (Post-Covid 19 Syndrome) 
Excerpts from NICE NG188 (2024)
Post-COVID-19 syndrome
Signs and symptoms that develop during or after an infection consistent with COVID‑19, continue for more than 12 weeks and are not explained by an alternative diagnosis. It usually presents with clusters of symptoms, often overlapping, which can fluctuate and change over time and can affect any system in the body. Post‑COVID‑19 syndrome may be considered before 12 weeks while the possibility of an alternative underlying disease is also being assessed.

In addition to the clinical case definitions, the term 'long COVID' is commonly used to describe signs and symptoms that continue or develop after acute COVID‑19. It includes both ongoing symptomatic COVID‑19 (from 4 to 12 weeks) and post‑COVID‑19 syndrome (12 weeks or more).
Section 5.3.2.
Consider referral from 4 weeks for specialist advice for children and young people with ongoing symptomatic COVID-19 or post-COVID-19 syndrome.
Section 9
Symptoms after acute COVID-19 are highly variable and wide ranging. The most commonly reported symptoms include (but are not limited to) the following: 
Respiratory symptoms* • Breathlessness • Cough 
Cardiovascular symptoms • Chest tightness • Chest pain* • Palpitations* 
Generalised symptoms • Fatigue • Fever • Pain 
Neurological symptoms • Cognitive impairment ('brain fog', loss of concentration or memory issues) • Headache • Sleep disturbance • Peripheral neuropathy symptoms (pins and needles and numbness) • Dizziness • Delirium (in older populations) • Mobility impairment COVID-19 rapid guideline: • Visual disturbance 
Gastrointestinal symptoms • Abdominal pain • Nausea and vomiting • Diarrhoea • Weight loss and reduced appetite 
Musculoskeletal symptoms • Joint pain • Muscle pain 
Ear, nose and throat symptoms • Tinnitus • Earache • Sore throat • Dizziness • Loss of taste and/or smell • Nasal congestion 
Dermatological symptoms • Skin rashes • Hair loss 
Psychological/psychiatric symptoms • Symptoms of depression • Symptoms of anxiety • Symptoms of post-traumatic stress disorder 
*Less commonly reported in children and young people than in adults
…absence from or poor performance in education was associated with poor outcomes for children and young people with ongoing symptomatic COVID-19 or post-COVID-19 syndrome. (p43)

ONS Office for National Statistics (2023) Prevalence of ongoing symptoms following coronavirus (COVID-19) infection in the UK: 30 March 2023:
Around 1.9 million people in the UK were experiencing self-reported long COVID as of 5 March 2023
An estimated 1.9 million people in private households in the UK (2.9% of the population) were experiencing self-reported long COVID as of 5 March 2023. Of those, around 9 in 10 (92%) first had (or suspected they had) COVID-19 at least 12 weeks previously. Over two-thirds (69%) reported experiencing long COVID symptoms for at least one year. Over one-third (41%) reported experiencing symptoms for at least two years.
The most common long COVID symptom continued to be fatigue (72% of those with self-reported long COVID), followed by difficulty concentrating (51%), muscle ache (49%), and shortness of breath (48%). Symptoms adversely affected the day-to-day activities of 1.5 million people, or 79% of those with self-reported long COVID, with 381,000 (20%) reporting that their day-to-day activities had been “limited a lot”. 













Appendix 5: Myalgic Encephalomyelitis / Chronic Fatigue Syndrome (ME/CFS)

Extracts from NICE NG206 (2021) 
 (
Box 1 Severity of ME/CFS
Definitions of severity are not clear cut because individual symptoms vary widely in severity and people may have some symptoms more severely than others. The definitions below provide a guide to the level of impact of symptoms on everyday functioning.
Mild ME/CFS 
People with mild ME/CFS care for themselves and do some light domestic tasks (sometimes needing support) but may have difficulties with mobility. Most are still working or in education, but to do this they have probably stopped all leisure and social pursuits. They often have reduced hours, take days off and use the weekend to cope with the rest of the week. 
Moderate ME/CFS
 People with moderate ME/CFS have reduced mobility and are restricted in all activities of daily living, although they may have peaks and troughs in their level of symptoms and ability to do activities. They have usually stopped work or education, and need rest periods, often resting in the afternoon for 1 or 2 hours. Their sleep at night is generally poor quality and disturbed. 
Severe ME/CFS
People with severe ME/CFS are unable to do any activity for themselves or can carry out minimal daily tasks only (such as face washing or cleaning teeth). They have severe cognitive difficulties and may depend on a wheelchair for mobility. They are often unable to leave the house or have a severe and prolonged after-effect if they do so. They may also spend most of their time in bed and are often extremely sensitive to light and sound.
Very severe ME/CFS
 
People with very severe ME/CFS are in bed all day and dependent on care. They need help with personal hygiene and eating, and are very sensitive to sensory stimuli. Some people may not be able to swallow and may need to be tube fed.
)Box 1 p.8














Section 1.2.2 Box 2 p.12
 (
Box 2 Symptoms for suspecting ME/CFS
 All of these symptoms should be present: 
• Debilitating fatigue that is worsened by activity, is not caused by excessive cognitive, physical, emotional or social exertion, and is not significantly relieved by rest. 
• Post-exertional malaise after activity in which the worsening of symptoms: 
－
 is often delayed in onset by hours or days 
－
 is disproportionate to the activity 
－
 has a prolonged recovery time that may last hours, days, weeks or longer. • Unrefreshing sleep or sleep disturbance (or both), which may include: 
－
 feeling exhausted, feeling flu-like and stiff on waking 
－
 broken or shallow sleep, altered sleep pattern or hypersomnia. 
• Cognitive difficulties (sometimes described as 'brain fog'), which may include problems finding words or numbers, difficulty in speaking, slowed responsiveness, short-term memory problems, and difficulty concentrating or multitasking.
)







Section1.2.4
Other symptoms can include:
• orthostatic intolerance and autonomic dysfunction, including dizziness, palpitations, fainting, nausea on standing or sitting upright from a reclining position 
• temperature hypersensitivity resulting in profuse sweating, chills, hot flushes, or feeling very cold 
• neuromuscular symptoms, including twitching and myoclonic jerks 
• flu-like symptoms, including sore throat, tender glands, nausea, chills or muscle aches 
• intolerance to alcohol, or to certain foods and chemicals
• heightened sensory sensitivities, including to light, sound, touch, taste and smell 
• pain, including pain on touch, myalgia, headaches, eye pain, abdominal pain or joint pain without acute redness, swelling or effusion.
]Section 1.2.2
Suspect ME/CFS if: 
• the person has had all of the persistent symptoms in box 2 for a minimum of …4 weeks in children and young people and 
• the person's ability to engage in occupational, educational, social or personal activities is significantly reduced from pre-illness levels and 
• symptoms are not explained by another condition.
Section 1.1.7
Sect 1.1.7 When ME/CFS is suspected in a child or young person…
• refer them to a paediatrician for further assessment and investigation for ME/CFS and other conditions 
• start to work with the child or young person's place of education or training to support flexible adjustments or adaptations.
Section 1.4.1 
1. Diagnose ME/CFS in a child, young person or adult who has the symptoms in recommendation 1.2.2 (Box 2) that have persisted for 3 months and are not explained by another condition.
Section 1.6.9 
Advise children and young people with moderate ME/CFS or severe or very severe ME/CFS and their parents or carers (as appropriate) that they may be entitled to support from children's social care as children in need because of their disability.

Appendix 6: Current wider socio-political context 
The proposed research is timely for several reasons:
1. Post-pandemic: “Further work is needed to understand how persisting symptoms affect educational outcomes and quality of life longer-term. Emerging from the pandemic, child health and wellbeing must be prioritised to avoid embedding long-term disadvantage for a generation of children and young people” (Warren-Gash, C., Lacey, A., Cook, S. et al.(2023))
1. NICE published its much revised guideline on ME/CFS in 2021, but its recommendations have yet to be widely taken on board or implemented. (NICE, 2021)
1. In 2021, the Welsh Government allocated £5m to be spent by health boards on developing Long Covid services. In 2023 this was increased to £8m so that other long-term conditions, including ME/CFS could be included (Welsh Gov, 2023a). There has previously never been a specialist service for ME/CFS in Wales, and children who meet the criteria (what are they?) may be referred on to a specialist paediatric service in England.
Given that Wales has never had a specialist service – it is, a sense, ‘a blank piece of paper’ – there is an opportunity for good quality research to help shape the development of new services which will make a positive difference for CYP and their families. HDUHB is still in the planning stage for its proposed all-age Post-Viral Syndromes Service, so there is an opportunity for research to inform this development, and embed good practice from the start. 
1. The Welsh Parliament is currently undertaking a consultation / review called Supporting People with Chronic Health Conditions (Welsh Parliament, 2023).
1. There is on-going concern about the persistently high levels of pupil absence since the pandemic (Fig A3). How much of that might be attributable to Long Covid?  “Paediatric Chronic Fatigue Syndrome/Myalgic Encephalomyelitis (CFS/ME) is relatively common and disabling with a mean time out of school of more than one academic year.” (Webb, et al, 2011 p.1) 

[image: A graph of a number of years
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Fig A3: Percentage of half-day sessions absent from school of secondary school-age pupils, 2013/14 to 2022/ 23 [Percentage Academic year
(Welsh Government - Absenteeism from secondary schools: September 2022 to August 2023 Data on authorised and unauthorised absenteeism by pupils of compulsory school age for September 2022 to August 2023. First published: 27 September 2023 Last updated: 27 September 2023  p5)




















Appendix 7: Research Paradigms – their relevance to the proposed study

Positivism / post-positivism (Creswell & Creswell, 2018, p.6) is a worldview in which “Reality exists external to the researcher and must be investigated through the rigorous process of scientific enquiry” (Gray, 2022, p.24).
Phase 1 of this study assumes that there are children with LC and ME/CFS in Carmarthenshire, and it should be possible to count them – objectively.
Interpretivism / Constructivism is “ …antithetical to objectivism” (Bryman, p.692). Truth and meaning are not absolute, but seen as being ‘interpreted’ or  “constructed not discovered” (Gray, p.24) by individuals who seek to make sense of the world around them.  
Phase 2 of this study also seeks to understand the experiences of children with LC and ME/CFS and their families/carers, and their subjective perceptions of the multi-agency care and provision they have received.
Transformativism is a worldview particularly concerned with marginalised groups, such as those with disabilities, and associated issues of “…empowerment, inequality, oppression, domination, suppression and alienation” (Creswell & Creswell, 2018, p.9). Children with ME/CFS and LC could be seen as ‘marginalised groups’: they experience difficulties having their debilitating illnesses properly recognised, diagnosed or treated, and there has been an historic absence of government funding allocated to research. 
Wild,C. et al (2024) argue that children with LC are a marginalized group, enduring  a “double’invisibility” because of “LC’s lack of ‘social currency’ coupled with increased difficulty of ‘severity signalling’ in comparison with better understood conditions”. 
The LC Handbook (Medinger & Altmann 2022) is an interesting example of a patient-led ‘citizen science’ project (coordinated by Medinger) in collaboration with traditional positivist science (Altmann), with a transformative ambition – bringing to the attention of the decision makers research evidence that demands a response i.e. political decisions about priorities for funding research.
Feminism is a paradigm which considers the traditional rational and objective approaches to research to be “the remit of male researchers, reflecting and prioritising male values”  (Gray, 2022, p.30). 
Female patients with ME/CFS (and LC) significantly outnumber males (Lacerda et al, 2019; Bai et al, 2021), and this has led, historically, to symptoms being played down and psychologised (e.g as ‘hysteria’) (McEvedy & Beard, 1970;  Monbiot, 2024).
The Pragmatist researcher is not committed to any one worldview, nor to a particular methodology, but will focus not on “…whether the proposition fits a particular ontology, but whether it suits a purpose and is capable of creating action” (Gray 2002, p.31).
Appendix 8: What is the study trying to find out?
A draft long list of questions – to be refined via a small pilot and consultation with relevant professionals and a small sample of CYP/parent/carer participants.
Decide how / when to ask these questions. Some can be asked using quantitative methods e.g. by searching database / records, via a survey using self-completion questionnaire, or by structured interviews. A range of quantitative methods may be required in order to fill the gaps in patchy data. 
Others will provide richer data through qualitative study e.g. semi-structured / unstructured interview or focus groups.
Health:
1. How many children and young people in Carmarthenshire are living with the chronic health conditions of Long Covid and ME/CFS (or post-viral syndromes)
1. How many are diagnosed? 
1. How many are possible / probable, but undiagnosed? (How to quantify? Against national estimates?)
1. Who/where are they? (anonymised)
1. What is the age distribution?
1. What is their individual level of severity (NICE descriptors)
1. How long have they been ill?
1. Was there a known trigger?
1. If so, what?
1. Co-morbidities?
1. What is their range of symptoms? (rank these in terms of impact)
1. What is the trajectory of their illness to date?
1. What health interventions are they / have they been able to access? E.g. referral on to local services (which?), specialist ME/CFS or LC service (in England – no specialist services in Wales)
1. How effective have these interventions been? (How to measure this?)
1. Which health professional is responsible for coordinating their care?
1. Q about multi-agency involvement
1. How many children with LC or ME/CFS have a healthcare plan in place?
1. Is there an anticipatory HDUHB protocol / guidance in place for situations where a CYP with Very Severe ME/CFS (NICE descriptor) requires treatment in / admission to hospital?
1. Are there any CYP with LC or ME/CFS in receipt of NHS Children’s Continuing Care?
1. What are the CYP’s and parent’s / carer’s views, perceptions, experiences of the health care they have received? Has it been ‘joined up’ (multi-agency)?
1. What are the health professionals’ views, perceptions, experiences of working with CYP’s, their parents/carers, and multi-agency colleagues?
1. What are the training needs of health board staff re the needs of CYP with Long Covid and ME/CFS?
Education:
1. How many school children with diagnosed post-viral chronic conditions (LC and ME/CFS)?
1. in primary schools
1. in secondary schools
1. specialist provisions
1. FE
1. EOTAS / home tuition / Home educated
1. How many others are possible / probable, but undiagnosed? (Can we ask this?)
1. In primary schools
1. In secondary schools
1. Specialist provisions
1. FE
1. EOTAS / home tuition / Home educated
1. What is their level of severity? (NICE descriptors?)
1. What has been the impact on school attendance?
1. How many of them have an Individual Development Plan (IDP)?
1. Does that incorporate / sit alongside a health care plan?
1. What strategies have been tried to facilitate these CYP accessing education?
1. Who is responsible in the LEA for CYP with chronic health conditions?
1. What are the CYP’s and parent’s / carer’s views, perceptions, experiences of the how LC or ME/CFS has impacted their experience of education? Has it been ‘joined up’ (multi-agency)?
1. What are the LEA and school staff’s views, perceptions, experiences of working with CYP’s and their parents/carers, and with multi-agency colleagues?
1. What are the training needs of school/college and LEA staff re the needs of CYP with LC and ME/CFS?
Social Services:
1. How many CYP and their parents/carers are in receipt of LA funded care / support e.g. Direct Payments
1. How many carer’s assessments are in place for the parents/carers of CYP with Long Covid or ME/CFS?
1. Have there been any cases of safeguarding concerns (see NICE Section, 2021, Section 1.7) re CYP with Long Covid or ME/CFS?
1. What are the CYP’s and parent’s / carer’s views, perceptions, experiences of the how LC or ME/CFS has impacted their experience of education? To what extent has it been ‘joined up’ (multi-agency)?
1. What are the social workers’ views, perceptions, experiences of working with CYP’s and their parents/carers, and other multi-agency colleagues?
1. What are the training needs of school and Social Services staff re the needs of CYP with LC and ME/CFS?

Appendix 9:  Alternative Mixed Methods Designs

The proposal in this study is for an explanatory sequential mixed methods design.
Alternative mixed methods designs
Whilst a convergent mixed methods design (in which both quantitative and qualitative data is gathered more or less simultaneously) might also suit this study, the demands placed on the researcher are considered unrealistic in pragmatic terms. If, for whatever, reasons, initial enquiries reveal insurmountable difficulties in accessing quantitative data (e.g. re numbers of children with LC and/or ME/CFS), the results of a ‘deep dive’ into the experiences of children and families/carers might then provide evidence for the necessary additional time to be spent on ‘digging out’ the quantitative data (i.e. an exploratory sequential mixed methods approach)
If Phase 1 is not feasible, an alternative exploratory sequential approach could be taken, using theoretical sampling or snowballing to build a sample which grows cumulatively until the researcher has enough info for the purposes of the research. This is an approach used in grounded theory, in which the research study is a process of discovery where, “Almost like a detective, the researcher follows a trail of clues” (Denscombe, 2021,p.86)


The proposal in this study is for an explanatory sequential mixed methods design.
Alternative mixed methods designs
Whilst a convergent mixed methods design (in which both quantitative and qualitative data is gathered more or less simultaneously) might also suit this study, the demands placed on the researcher are considered unrealistic in pragmatic terms. If, for whatever, reasons, initial enquiries reveal insurmountable difficulties in accessing quantitative data (e.g. re numbers of children with LC and/or ME/CFS), the results of a ‘deep dive’ into the experiences of children and families/carers might then provide evidence for the necessary additional time to be spent on ‘digging out’ the quantitative data (i.e. an exploratory sequential mixed methods approach)
If Phase 1 is not feasible, an alternative exploratory sequential approach could be taken, using theoretical sampling or snowballing to build a sample which grows cumulatively until the researcher has enough info for the purposes of the research. This is an approach used in grounded theory, in which the research study is a process of discovery where, “Almost like a detective, the researcher follows a trail of clues” (Denscombe, 2021,p.86)

Appendix 10:  Experiments

The classical experimental design is the randomised control trial. The RCT is considered the ‘gold standard’, “…the most rigorous and robust research method of determining whether a cause–effect relation exists between an intervention and an outcome” (Bhide, Shah & Acharya,2018, p380) . 
It is usually the design of choice used to test theories about a disease process, or the efficacy or safety of a new drug treatment (e.g. Witham, 2015).
The RCT’s perceived high level of internal validity is achieved by removing, as far as possible, threats of bias, via the random allocation of an intervention to an experimental group and a control group, and blinding  (e.g. participants do not whether they are receiving the experimental treatment or a placebo) or double blinding (to also remove the risk of researcher bias)(Bryman, 2008, p.37). Strong external validity allows for the results to be generalised to a wider population.
These validities are dependent on the reliability of the measures used in the study (measurement vailidity) without which the conclusions of the study come under question (Wise, 2016).
A recommendation emerging (inductively) from this study’s conclusions, could be the development of a hypothesis to be tested via experiment / quasi-experiment (Denscombe,2021,  p114) e.g. ‘A coordinated multi-agency approach to meeting the needs of children with LC and ME/CFS will improve educational outcomes’.











Appendix 11:  Self-completion questionnaires: Mitigating negative factors which can lead to poor response and completion rates and validity

	Negative factors - respondent
	Mitigating actions - researcher

	The respondent does not consider the research topic a priority
	Clarity of rationale - make a strong case – show how the research could make a difference
Presentation at e.g. Headteachers/|ALNCO forums
Personal introductory contact
Note context of high school absence rates
Get headteachers on board

	They are already overwhelmed by work load – this is just another pressure they could do without
	Provide clear, easy to follow instructions and additional materials
Minimise the response burden - keep the questionnaire as short and straightforward as possible
Set deadline but allow sufficient time for completion
Send positively phrased reminders
Offer 1:1 support where required

	Accessing / finding the data is not straightforward – lots of “Don’t know” responses / blanks/incomplete responses
	Ask only for data which should be relatively easy to access – provide prompts
Offer 1:1 support where required

	Questionnaire fatigue – risk of drop out / going through the motions – becomes just a ‘tick box’ exercise
	Keep number of questions to a minimum
Ask questions in a variety of formats - Denscombe describes “Ten types of question” (2021 p.223 Fig16.1)

	Pre-coded questions match the researcher’s thinking, but not the respondent’s reality
	Careful question construction
Pilot study
Provide some open questions to allow respondent freedom …

	Info / issues may be considered sensitive – insufficiently  complete responses
	Provide assurances re data protection / anonymity / confidentiality

	Lack of trust / good will
	Ditto
Initial contact
Quality of materials provide reassurance










Appendix 12: Other Research Methods considered

Case Study
The case study “drills deep rather than casting the net wide” (Denscombe. P.94), whereas this study considers the first necessary step to be scoping out the problem (casting the net wide), and then drilling more deeply into a number of cases from a representative sample, rather than one, in order to develop a holistic picture of how well needs are being met, and to learn lessons which can inform policy and practice more widely.

Focus Groups
Focus groups with selected multi-agency professionals, could add breadth and value to Phase 2 of this study, allowing comparison of professional and patient/client/pupil experience and perceptions. 

Action Research
An on-going cycle of action research could take forward the findings of this study, with practical outcomes for all involved. This study would represent the “pre-step” (context and purpose) stage of the action research cycle as described by Coghlan & Brannick (Fig 4).
 (
Context &
 purpose
) (
Constructing
)


 (
Planning action
) (
Evaluating action
)	

 (
Taking action
)




Fig.4 The action research cycle (from Coghlan & Brannick, 2010, p.8)
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