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[bookmark: _Hlk110281709]Supplementary Methods 1: Search strategy

Medline through PubMed
("hemophilia a"[MeSH Terms] OR "haemophilia"[Title/Abstract] OR "hemophilia"[Title/Abstract]) AND ("economic evaluation"[Title/Abstract] OR "economic analysis"[Title/Abstract] OR "cost*"[Title/Abstract] OR "cost of illness"[MeSH Terms] OR "cost of illness"[Title/Abstract] OR "costs and cost analysis"[MeSH Terms] OR "cost analysis"[Title/Abstract] OR "cost benefit analysis"[MeSH Terms] OR "cost benefit"[Title/Abstract] OR "cost effectiveness"[Title/Abstract] OR "cost utility"[Title/Abstract] OR "cost minimi*ation"[Title/Abstract] OR "cost saving"[Title/Abstract] OR "direct medical cost*"[Title/Abstract] OR "direct healthcare cost*"[Title/Abstract] OR "direct non medical cost*"[Title/Abstract] OR "direct non healthcare cost*"[Title/Abstract] OR "indirect cost*"[Title/Abstract] OR "productivity loss"[Title/Abstract] OR "total cost*"[Title/Abstract])

Medline, EMBASE, Current Contents®‎, BIOSIS Previews®,‎ and Publicly Available Content through ProQuest 
su.exact("haemophilia" OR "haemophilia a" OR "haemophilia a disease" OR "haemophilia b" OR "haemophilia therapy" OR "haemophilias" OR "haemophiliacs" OR "haemophilia-b") OR su.exact("hemophilia" OR "hemophilia a" OR "hemophilia a ( viii )" OR "hemophilia a gene therapy" OR "hemophilia a inhibitor" OR "hemophilia a treatment" OR "hemophilia a type 1" OR "hemophilia a type 2" OR "hemophilia a with inhibitor" OR "hemophilia a with inhibitors" OR "hemophilia b" OR "hemophilia b inhibitor" OR "hemophilia b gene therapy" OR "hemophilia b treatment" OR "hemophilia b with inhibitor" OR "hemophilia care" OR "hemophilia disorders" OR "hemophilia gene therapy" OR "hemophilia gene-therapy" OR "hemophilia home therapy" OR "hemophilia inhibitor" OR "hemophilia inhibitor patient" OR "hemophilia patients" OR "hemophilia patients with inhibitor") OR ("economic evaluation") OR ("economic analysis") OR (cost) OR ("cost of illness") OR "(burden of disease)" OR "(economic burden)" OR ("cost analysis") OR ("cost benefit") OR ("cost effectiveness") OR ("cost utility") OR ("cost minimisation") OR ("cost saving") OR ("direct medical cost*") OR ("direct healthcare cost*") OR ("direct non-medical cost*") OR ("direct non-healthcare cost*") OR ("indirect cost*") OR ("productivity loss") OR ("total cost*")

Web of Science Core Collection search results through Web of Science
(TS=(H$emophilia)) AND TS=(("economic evaluation" OR "economic analysis" OR "cost*" OR "cost of illness" OR "cost analysis" OR "cost benefit" OR "cost effectiveness" OR "cost utility" OR "cost minimisation" OR "cost saving" OR "direct medical cost*" OR "direct healthcare cost*" OR "direct non-medical cost*" OR "direct non-healthcare cost*" OR "indirect cost*" OR "productivity loss" OR "total cost*")) 



Google Scholar
haemophilia AND ("economic evaluation" OR "economic analysis" OR "cost" OR "cost of illness" OR "cost analysis" OR "cost benefit" OR "cost effectiveness" OR "cost utility" OR "cost minimisation" OR "cost saving" OR "direct medical cost" OR "direct healthcare cost" OR "direct non-medical cost" OR "direct non-healthcare cost" OR "indirect cost" OR "productivity loss" OR "total cost")

Grey literature
1. Canada’s Drug and Health Technology Agency (CADTH)
2. [bookmark: _Hlk114672405][bookmark: _Hlk114672607]International HTA Database
3. Australasian open access research repositories: a list of repositories from the Council of Australian University Librarians (CAUL)


















Supplementary Methods 2: Manually identified sources of evidence

1. Doti C. Prophylactic versus On-Demand Treatment with rFVIIa in Hemophilia Patients with Inhibitors: An Incremental Cost Analysis. In: HAEMOPHILIA. WILEY-BLACKWELL 111 RIVER ST, HOBOKEN 07030-5774, NJ USA; 2012. p. 68. 
2. Eldar-Lissai A, Hou Q, Krishnan S. The changing costs of caring for hemophilia patients in the US: insurers’ and patients’ perspectives. Blood. 2014;124(21):199. 
3. Chuansumrit A, Sirachainan N, Natesirinilkul R, Srikala K, Masaya‐anon N, Group HIS, et al. Real‐world evidence on health resource use among patients with haemophilia and inhibitor exhibiting severe bleeding episodes. Haemophilia. 2021;27(1):69–80. 
4. Bronks IG, Blackburn EK. A socio-medical study of haemophilia and related states. Br J Prev Soc Med. 1968;22(2):68. 
5. Chung K, Berger A, Edelsberg J, Neufeld E, Oster G. Cost-effectiveness of FEIBA for the treatment of mildto-moderate bleeds in hemophilia patients with inhibitors. Haemophilia. 2004;10:29–33. 
6. Kiadaliri AA. The Impact of Factor VIII Inhibitors on Factor Consumption in Haemophilia A: A Case-Control Study in South of Iran** Aliasghar Ahmad Kiadaliri,“Kimia Pourmohammadi," Peivand Bastani and" Mehran Karimi" Department of Clinical Sciences-Malmö. Middle-East J Sci Res. 2011;8(3):694–8. 
7. Mihailov D, Serban M, Badeti R, Tepeneu P, Schramm W, Lighezan D. Economic Evaluation of Orthopedic and Surgical Interventions in Hemophiliacs-Not Only Direct Medical Costs Matter. In: 36th Hemophilia Symposium Hamburg 2005. Springer; 2007. p. 161–7.
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[bookmark: _Hlk115019053]Supplementary Methods 3: Flow chart of sources of evidence selection
	Ser.
	Sources of evidence
	No. of retrieved sources
	Comments

	1
	Medline through Pubmed 
	1,459
	

	2
	Medline through ProQuest
	1,133
	

	3
	Web of Science Core Collection through Web of Science 
	1,598
	

	4
	EMBASE through ProQuest 
	1,446
	

	5
	Scopus
	1,261
	

	6
	Google Scholar 
	518
	

	6
	Current Contents through ProQuest 
	515
	

	8
	BIOSIS Previews through ProQuest 
	308
	

	9
	Publicly Available Content‎ on ProQuest
	68
	

	10
	Additional sources identified via manual searches
	7
	

	11
	Grey literature
	29
	

	12
	Total sources identified before de-duplication
	8,342
	

	13
	Duplicates removed by EndNote during importing
	4,929
	

	14
	Additional duplicates
	420
	Many of them were abstracts of full-text publications

	15
	Total duplicates
	5,349
	

	16
	Sources screened by title
	2,993
	

	17
	Sources excluded by title
	2,092
	

	18
	Abstracts examined for eligibility
	901
	

	20
	Sources excluded by abstract
	211
	

	21
	Full-text sources assessed for inclusion
	690
	

	22
	No full text was available
	209
	

	23
	Review/letter/editorial/commentary/supplement/report/book chapter/guidelines
	131
	127 scholarly + 4 grey literature

	24
	Case reports and case series
	13
	

	25
	Studies underwent content analysis
	337
	

	26
	Economic analyses including other bleeding disorders
	5
	

	27
	Informal economic analyses that only report frequencies and absolute values of healthcare resource utilisation
	46
	

	28
	Budget impact models
	20
	18 scholarly + 2 grey literature

	28
	Economic analyses based on models, estimates or assumptions from a non-societal perspective
	65
	

	29
	Economic analyses based on models, estimates, or assumptions from a societal perspective
	23
	

	30
	Economic analyses estimating only the cost of haemostatic therapy
	58
	

	31
	Economic analyses estimating only direct medical and non-medical costs
	91
	

	32
	Non-English full-text studies with English abstracts
	4
	

	33
	Economic analyses from a societal perspective (included)
	25
	




Supplementary Methods 4: Model-based economic analyses from a societal perspective
1. Smith PS, Teutsch SM, Shaffer PA, Rolka H, Evatt B. Episodic versus prophylactic infusions for hemophilia A: A cost-effectiveness analysis. J Pediatr. 1996;129(3):424–31. 
2. Miners AH, Sabin CA, Tolley KH, Lee CA. Cost-utility analysis of primary prophylaxis versus treatment on-demand for individuals with severe haemophilia. Pharmacoeconomics. 2002;20(11):759–74. 
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5. Malec LM, Sidonio RFJ, Smith KJ, Cooper JD. Three Cost-utility Analyses of Screening for Intracranial Hemorrhage in Neonates With Hemophilia. J Pediatr Hematol Oncol. 2014;36(6). 
6. Henrard S, Devleesschauwer B, Beutels P, Callens M, De Smet F, Hermans C, et al. The health and economic burden of haemophilia in Belgium: a rare, expensive and challenging disease. Orphanet J Rare Dis. 2014 Mar;9:39. 
7. Petrova G, Tachkov K, Georgieva S, Dimitrova M. Humanistic and economic aspects of haemophilia treatment in Bulgaria. Comparison between two therapeutic approaches: prophylactic vs. on-demand treatment. Biotechnol Biotechnol Equip. 2014 May 4;28(3):576–82. 
8. Tsai M-C, Cheng C-N, Wang R-J, Chen K-T, Kuo M-C, Lin S-J. Cost-effectiveness analysis of carrier and prenatal genetic testing for X-linked hemophilia. J Formos Med Assoc. 2015;114(8):722–8. 
9. Carlos-Rivera F, Gasca-Pineda R, Majluf-Cruz A, García-Chávez J. Economic impact of hemophilia type A and B in Mexico. Gac Med Mex. 2016;152(1):19–29. 
10. Coppola A, D’Ausilio A, Aiello A, Amoresano S, Toumi M, Mathew P, et al. Cost‐effectiveness analysis of late prophylaxis vs. on‐demand treatment for severe haemophilia A in Italy. Haemophilia. 2017;23(3):422–9. 
11. Brown LJ, La HA, Li J, Brunner M, Snoke M, Kerr AM. The societal burden of haemophilia A. III - The potential impact of emicizumab on costs of haemophilia A in Australia. Haemophilia. 2020 Aug;26 Suppl 5:21–9. 
12. Lotfi F, Talebianpour H, Keshavarz K, Emadi F, Bordbar MR, Bastani P. Cost-utility analysis of factor VIII diet therapies prepared using blood plasma vs. recombinant technique for patients with hemophilia A. DARU J Pharm Sci. 2020;28(1):287–93. 
13. Zhou Z-Y, Raimundo K, Patel AM, Han S, Ji Y, Fang H, et al. Model of Short- and Long-Term Outcomes of Emicizumab Prophylaxis Treatment for Persons with Hemophilia A. J Manag care Spec Pharm. 2020 Sep;26(9):1109–20. 
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Supplementary Table 1: Income level of the countries included in this review.
	#
	Country
	Income level

	1
	Algeria
	LMIC

	2
	Australia
	HICf 

	3
	Bulgaria
	LMIC

	4
	Canada
	HIC

	5
	France
	HIC

	6
	Germany
	HIC

	7
	Greece
	HIC

	8
	Hungary
	HIC

	9
	India
	LMIC

	10
	Iran
	LMIC

	11
	Italy
	HIC

	12
	Japan
	HIC

	13
	Morocco
	LMIC

	14
	Netherlands
	HIC

	15
	Norway
	HIC

	16
	Oman
	HIC

	17
	Romania
	HIC

	18
	South Africa
	LMIC

	19
	Spain
	HIC

	20
	Sweden
	HIC

	21
	UK
	HIC

	22
	USA
	HIC



[bookmark: _Hlk126871998]Abbreviations: HIC: High-income country; LMIC: Low- and middle-income country.

Supplementary Table 2. Summary of study characteristics and reported items by the included studies (n=25).
	[bookmark: _Hlk121706079]Characteristic
	Number of studies (%)

	Geographical location

	Single country
	14 (56%)

	Multiple European countries
	7 (28%)

	Two European countries
	2 (8%)

	Multinational
	2 (8%)

	Study design

	Retrospective cross-sectional study
	19 (76%)

	Retrospective-prospective cohort study
	2 (8%)

	Prospective cohort study
	2 (8%)

	Randomised controlled trial
	1 (4%)

	Post-hoc analysis
	1 (4%)

	Study duration

	6 months
	3 (12%)

	6-12 months
	2 (8%)

	1 year
	13 (52%)

	1.5 years
	1 (4%)

	2 years
	2 (8%)

	5 years
	1 (4%)

	6 years
	1 (4%)

	7 years
	1 (4%)

	11 years
	1 (4%)

	Haemophilia type

	Haemophilia A and B
	17 (68%)

	Haemophilia A
	5 (20%)

	Haemophilia B
	3 (12%)

	Inhibitor status

	Haemophilia without inhibitors
	16 (64%)

	Haemophilia with and without inhibitors
	8 (32%)

	Haemophilia with inhibitors
	1 (4%)

	Age group

	All age groups
	12 (48%)

	Adults
	8 (32%)

	Children and adolescents
	3 (12%)

	Adolescents and adults
	2 (8%)

	Timeline of data collection

	Reported
	18 (72%)

	Not reported
	7 (28%)

	Type of interventions and comparators

	Routine care
	10 (40%)

	Prophylaxis versus episodic treatment
	6 (24%)

	Prophylaxis only
	3 (12%)

	Episodic treatment only
	1 (4%)

	Hospital versus home treatment
	1 (4%)

	HTC versus local healthcare centres
	1 (4%)

	Sports therapy programme versus control group
	1 (4%)

	rFVIIa vs plasma-derived products
	1 (4%)

	Surgical and orthopaedic interventions
	1 (4%)

	Type of the economic analysis

	Cost-of-illness studies
	15 (60%)

	Cost-effectiveness analysis
	2 (8%)

	Cost-utility analysis
	2 (8%)

	Cost-minimization analysis
	1 (4%)

	Comparative cost analysis
	2 (8%)

	Preliminary cost-benefit analysis
	1 (4%)

	Preliminary cost analysis
	1 (4%)

	Cost analysis
	1 (4%)

	Cost estimation approach

	Prevalence-based
	3 (12%)

	Not reported
	22 (88%)

	Calculation method for cost estimation

	Cost valuation
	17 (68%)

	Bottom-up
	3 (12%)

	Incremental cost-utility ratio
	1 (4%)

	Cost comparison
	1 (4%)

	Data panel regression analysis
	1 (4%)

	Quality-adjusted life years
	1 (4%)

	Incremental cost per avoided joint bleed
	1 (4%)

	Frequency of reporting cost categories

	[bookmark: _Hlk126859813]Cost of haemostatic therapies
	20 (80%)

	Direct medical cost
	25 (100%)

	Direct formal non-medical cost
	16 (64%)

	Direct informal non-medical cost
	8 (32%)

	Indirect cost
	24 (96%)

	Intangible cost
	0 (0%)

	Total cost
	16 (64%)

	Number of the reported cost categories

	Three 
	5 (20%)

	Four 
	8 (32%)

	Five 
	10 (40%)

	Six 
	2 (8%)

	[bookmark: _Hlk121703714]Type of indirect costs included

	Productivity loss
	22 (88%)

	Productivity gains
	1 (4%)

	QALYs
	1 (4%)

	Not reported
	1 (4%)

	Calculation method for the indirect cost

	The human capital approach
	18 (72%)

	The friction-cost method
	1 (4%)

	EQ-5D questionnaire
	1 (4%)

	Generic cost estimation methods  
	5 (20%)

	Cost year

	Reported
	22 (88%)

	Not reported
	3 (12%)



Abbreviations: EQ-5D: EuroQoL 5 Dimensions; HTC: haemophilia treatment centre; QALYs: quality-adjusted life years; PwH: persons with haemophilia; rFVIIa: recombinant activated factor VII.
[bookmark: _Hlk134311409][bookmark: _Hlk134276617][bookmark: _Hlk126871718][bookmark: _Hlk146822109]Supplementary Table 3. Original values of the reported cost categories by the included studies (n=25).
	#
	Study* & currency
	Cost of haemostatic therapies
	Direct medical cost
	Direct formal non-med. cost
	Direct informal non-med. cost
	Indirect cost
	Total cost

	1
	Ingram et al., 1979, (£) [1]
	NR
	Hospital outpatient: 3.47; Home: 0.88/bleed˟
	Hospital outpatient: 72.5; Home: 22/bleed
	NR

	2
	Schimpf and Niederberger, 1981, DM [2]
	47,903ε
	1,431˟ε
	NR
	NR
	-34,155ε
	15,179§

	3
	Szucs et al., 1996, DM [3]
	PPX: 56,436; ODT: 34,212ᴺ
	PPX: 54; ODT: 294˟§
	NR
	NR
	PPX: 376; ODT: 1,560ᴺ
	PPX: 56,866; ODT: 36,066ᴺ

	4
	Bohn et al., 1998, ($) [4]
	Full PPX: 87,865; Partial PPX: 79,639; ODT: 30,820
	Full PPX: ~700; Partial PPX: ~2,000
ODT: ~1,100˟
	NR
	NR
	Full PPX ~200; Partial PPX: ~600; ODT: ~500§
	Full PPX: 88,676; Partial PPX: 81,883; ODT: 32,391

	5
	Molho et al., 2000, ($) [5]
	71,490
	1,539˟,ε
	NR
	NR
	791
	73,820

	6
	Ekert et al., 2001, AUD [6]
	RC: 183,066; rFVIIa: 214,930ᴺ
	RC: 6,248; rFVIIa: 4,284ᴺ˟§
	NR
	NR
	+0.58 QALY (rFVIIa vs RC)
	RC: 189,314; rFVIIa: 219,214ᴺ

	7
	Schramm et al., 2002, (€) [7]
	PPX: 1,833-11,300; ODT: 429-1,149
	PPX: 47-6,018; ODT: 399-2,665˟,ε
	NR
	NR
	PPX: 252-994; ODT: 51-961
	PPX: 1,067-13,768ε
ODT: 953-3,857ε

	8
	Carlsson et al., 2004, (€) [8]
	PPX: 139,063; ODT: 38,123
	PPX: 1,126; ODT: 1,807˟
	PPX: 7,530; ODT: 11,358
	NR
	PPX: 220; ODT: 230§
	PPX: 147,939; ODT: 51,518

	9
	Mihailov et al., 2007, (€) [9]
	HA w/o INHs: 11,958; HB: 13,747; HA w. INHs: 41,677/INT§
	HA w/o INHs: 1,978; HB: 1,111; HA w. INHs: 2,036/INT˟§
	Unit prices
	NR
	2,550.5ᴺ,ε
	NR

	10
	Fischer et al., 2013, ($) [10]
	HD PPX: 290,400; IMD PPX: 173,400
	HD PPX: 800; IMD PPX: 1,000˟
	NR
	NR
	HD PPX: 200; IMD PPX: 2,800§
	HD PPX: 291,400; IMD PPX: 177,200§

	11
	Kodra et al., 2014, (€) [11]
	107,728ᴰ
	2,041˟§
	263
	4,960
	2,740
	117,732

	12
	Price et al., 2015, CAD [12]
	Not included
	RC & AC: 776ᴹ
	RC: 343ᴹ
	RC & AC:1,223ᴹ

	13
	Zhou et al., 2015, ($) [13]
	PPX: 289,172; ODT: 170,037
	PPX: 3,353; ODT: 14,481˟
	NR
	NR
	PPX: 8,867; ODT: 16,952
	PPX: 301,392; ODT: 201,471

	14
	Cavazza et al., 2016, (€) [14]
	87-174,712ᴰ
	293-7,065˟§
	42-53,870
	530-4,962
	139-9,444
	6,660-194,491

	15
	Chen et al., 2017, ($) [15]
	PPX: 255,747; ODT: 97,490
	PPX: 1,015; ODT: 6,122˟
	NR
	NR
	PPX: 6,477 ODT: 10,957
	PPX: 263,253; ODT: 114,577

	16
	O’Hara et al., 2017, (€) [16]
	189,285
	4,181˟
	Included in the IC
	NR
	6,075
	199,541

	17
	Jadhav and Mukherjee, 2018, INR [17]
	5,950-12,750 for different HSᴹ
	17,551ᴵ
	NR
	3,000-4,000 for different HSᴹ
	20,551-21,551 for different HSε

	18
	Koeberlein‐Neu et al., 2018, (€) [18]
	IG: 485,582; CG: 461,554ᵁ٬ᴺ
	IG: 7,376; CG: 2,730˟٬ᴺ
	IG: 140; CG: 26ᵁ٬ᴺ
	IG: 164; CG: 18ᵁ٬ᴺ
	IG: 422; CG: 466ᵁ٬ᴺ
	IG: 462,116; CG: 500,032ᴬ٬ᴺ

	19
	Gupta et al., 2019, ($) [19]
	FVIII: 18,406; FIX: 11,432; aPCC: 25,692; rFVIIa 72,613ᴺ
	293˟٬ᴺ
	NR
	HA & HB w/o INHs: 785; HA & HB w. INHs: 3,608ε
	19,513

	20
	Keshavarz et al., 2020, ($) [20]
	HA: 35,961; HB: 29,815
	HA: 1,066; HB: 402˟٬ε
	HA: 460; HB: 367
	NR
	HA: 175; HB: 191
	HA: 37,661; HB: 30,775

	21
	Burke et al., 2021a, (€) [21]
	232,328
	3,395˟§
	1,997
	NR
	8,973
	246,693ε

	22
	Burke et al., 2021b, ($) [22]
	611,971
	2,915˟§
	2,371
	6,931
	621,273ε

	23
	Rodriguez-Santana et al., 2022a, (€) [23]
	Not included
	SV: 3,949; Mod.: 3,313; Mild: 844˟٬ᴬ PPX: 3,864; ODT: 5,443˟
	Reported under the total cost
	Reported under the total cost
	SV: 14,216; Mod.: 5,925; Mild: 3,101˟٬ᴬ 
PPX: 15,269; ODT: 17,765˟

	24
	Rodriguez-Santana et al., 2022b, (€) [24]
	Not included
	SV: 3,065; Mod.: 2,047˟٬ᴬ
PPX: 2,821; ODT: 3,518˟
	Reported under the total cost
	Reported under the total cost
	SV: 6,950; Mod.: 3,666˟٬ᴬ
PPX: 5,840; ODT: 8,066˟

	25
	Chowdary et al., 2023, (€) [25]
	Not included
	SV ADs w. 0 PJs: 3,749; w. ≥2 PJs: 9,467˟
	SV ADs w. 0 PJs: 1,152; w. ≥2 PJs: 4,925
	Reported under the total cost
	SV ADs w. 0 PJs: 6,121; w. ≥2 PJs: 12,706
	SV ADs w. 0 PJs: 11,022; w. ≥2 PJs: 27,098



Note: All values are reported as mean annual costs unless otherwise indicated. The negative cost value in study no. 2 denotes the cost of productivity gain, which offsets approximately 70% of the direct costs.
*See reference list for full citations
[bookmark: _Hlk146890844]Abbreviations: AC: acute care; AUD: Australia dollar; CAD: Canadian dollar; CG: control group; DM: Deutsche Mark; HA: haemophilia A; HB: haemophilia B; HD: high-dose; HS: health states; IC: indirect cost; IG: intervention group; IMD: intermediate-dose; INHs: inhibitors; INR: Indian rupee; INT: intervention; Mod.: moderate; NR: not reported; ODT: on-demand treatment; PJs: problem joints; PPX: prophylaxis;  QALYs: quality-adjusted life years; RC routine care; yrs: years; SV: severe; w. with; w/o: without; ±: with or without; ᴵIncluding the cost of haemostatic therapies; ˟Excluding the cost of haemostatic therapies; ᴬAdjusted mean; ᴰAll drugs; ᴹMedian; ᴺValues are annualised; ᵁUnadjusted mean; εCost values are summed or multiplied manually; §Cost values are subtracted or divided manually; €: Euro; £: British pound; $: US dollar.










[bookmark: _Hlk146891945][bookmark: _Hlk146892695][bookmark: _Hlk134290966][bookmark: _Hlk134305075]Supplementary Table 4. Original total cost per person per year per country from studies that included the cost of haemostatic therapies (n=15).
	#
	Study* & currency
	France
	Germany
	India
	Iran
	Italy
	LMICs
	Netherlands
	Spain
	Sweden
	UK
	US

	1
	Szucs et al., 1996, ($) [3]
	 
	32,868ᴾ⁑
	 
	 
	 
	
	 
	 
	 
	 
	 

	2
	Molho et al., 2000, ($) [5]
	73,820
	 
	
	 
	 
	
	 
	 
	 
	 
	 

	3
	Schramm et al., 2002, (€) [7]
	13,768ᴾ,ε
	2,661ᴾ,ε
	 
	 
	11,347ᴾ,ε
	
	1,067ᴾ,ε
	 
	3,729ᴾ,ε
	3,593ᴾ,ε
	 

	4
	Carlsson et al., 2004, (€) [8]
	 
	 
	 
	 
	 
	
	 
	 
	147,939ᴾ
	 
	 

	5
	Fischer et al., 2013, ($) [10]
	 
	 
	 
	 
	 
	
	177,200ᴾ§
	 
	291,400ᴾ§
	 
	 

	6
	Kodra et al., 2014, (€) [11]
	 
	 
	 
	 
	117,732
	
	 
	 
	 
	 
	 

	7
	Zhou et al., 2015, ($) [13]
	 
	 
	 
	 
	 
	
	 
	 
	 
	 
	301,392ᴾ

	8
	Cavazza et al., 2016, (€) [14]
	21,046
	194,491
	 
	 
	99,877
	
	 
	62,955
	8,228
	56,257
	 

	9
	Chen et al., 2017, ($) [15]
	 
	 
	 
	 
	 
	
	 
	 
	 
	 
	263,253ᴾ

	10
	O’Hara et al., 2017, (€) [16]
	196,117
	319,024
	 
	 
	220,344
	
	 
	173,771
	 
	129,365
	 

	11
	Jadhav and Mukherjee, 2018, ($) [17]
	
	
	442-463ε⁑
	
	
	
	
	
	
	
	

	12
	Gupta et al., 2019, ($) [19]
	 
	 
	
	 
	 
	19,513
	 
	 
	 
	 
	 

	13
	Keshavarz et al., 2020, ($) [20]
	 
	 
	 
	36,028
	 
	
	 
	 
	 
	 
	 

	14
	Burke et al., 2021a, (€) [21]
	238,556ε*
	399,105ε*
	
	 
	272,835ε*
	
	 
	205,703ε*
	 
	189,166ε*
	 

	15
	Burke et al., 2021b, ($) [22]
	 
	 
	 
	 
	 
	
	 
	 
	 
	 
	624,188ᴾ,ε



[bookmark: _Hlk146892049][bookmark: _Hlk134305747]*See reference list for full citations
[bookmark: _Hlk146892119][bookmark: _Hlk146891985][bookmark: _Hlk146845653][bookmark: _Hlk146845611][bookmark: _Hlk137824867][bookmark: _Hlk126872163]Abbreviations: H: haemophilia; HA: haemophilia A; HB: haemophilia B; INHs: inhibitors; INR: Indian rupee; LMICs: low- and middle-income countries; mod.: moderate; ±: with or without; w. with; w/o: without; €: Euro; $: US dollar. ᴾCost for PPX only; εCost values are summed or multiplied manually; §Cost values are subtracted or divided manually; *Direct medical cost is added as an average for all countries; ⁑Exchange rate from local currency to US dollar is applied.








[bookmark: _Hlk147227533]Supplementary Figure 1. Proportions of different types of the economic studies included in this review.


Note: No study reported the ideal number (7) of cost categories.

Supplementary Figure 2. Classification of the included studies according to the number of the reported cost categories.


Note: The median no. of cost categories reported by each study is 4.

Supplementary Figure 3. No. of cost categories reported by each study.
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Economic type of the included studies, n=25

No. of studies	
Cost-of-illness studies	Cost-effectiveness analysis	Cost-utility analysis	Cost-minimization analysis	Comparative cost analysis	Preliminary cost analysis	Preliminary cost-benefit analysis	Cost of surgical 	&	 orthopaedic interventions	15	2	2	1	2	1	1	1	

Proportions of studies reporting different numbers of cost categories, n=25

No. of studies	
Three cost categories	Four cost categories	Five cost categories	Six cost categories	5	8	10	2	

No. of cost categories reported by each study, n = 25

No. of cost categories per study	
Ingram et al., 1979	Schimpf and Niederberger, 1981	Molho et al., 2000	Ekert et al., 2001	Schramm et al., 2002	Szucs et al., 1996	Bohn et al., 1998	Mihailov et al., 2007	Fischer et al., 2013	Zhou et al., 2015	Chen et al., 2017	Jadhav and Mukherjee, 2018	Burke et al., 2021a	Carlsson et al., 2004	Kodra et al., 2014	Price et al., 2015	O’Hara et al., 2017	Gupta et al., 2019	Keshavarz et al., 2020	Burke et al., 2021b	Rodriguez-Santana et al., 2022a	Rodriguez-Santana et al., 2022b	Chowdary et al., 2023	Cavazza et al., 2016	Koeberlein‐Neu et al., 2018	Ideal no. of cost categories	3	3	3	3	3	4	4	4	4	4	4	4	4	5	5	5	5	5	5	5	5	5	5	6	6	7	

