Appendix1 Search Strategy

Database Category Term #
PubMed Patient 1 hemophilia 123 articles
2 japan OR japanese
Economic 3 (costs) OR (cost)
4 direct cost
5 indirect cost
6 economic OR financial
QOL/PRO 7 quality of life
8 patient reported outcome
9 preference
10 satisfaction
General 11 burden
Period 12 ("1990/01/01"[Date - Publication] : "3000"[Date - Publication])
Total 13 1AND2AND (30OR40OR50R60OR70OR80OR90R100OR
11) AND 12
Ichushi-Web Patient #1 (M AYE/TH or I A A/AL) 166 articles
#2  (HAI/TH or HAJAL)
#3  (ESELL/TH or # FI/AL)
Economic #4  EHBEEIAL
#5  RIRELE/AL
#6  FRUEIAL
QOL/PRO #7  (ATEDE/TH or QOL/AL)
#8  (REWRET U M LAOHEMHor BFEHET ¥ b1 AIAL)
#9  JEAT
#10 i
General #11 I ATT/AL or 395 A HE/AL
Total #12 #1 AND #2 AND (#3 OR #4 OR #5 OR #6 OR #7 OR #8 OR
#9 OR #10 OR #11)
CiNii Patient A% AND H A& 64 articles
Economic AND (%7 /H OR E#2%¢ OR [M#%% OR ¥
QOL/PRO OR QOL OR #BFE#ET 7 k7 A OR B4 OR i & &
General OR ¥ A OR BFA )




Appendix2 Identified Articles

# Author Year Title Journal Volume No. Page Study Design Publication
Type
1 U M, A 45, oK i 1996 ERREVIIERFEACLORERSICTA |RARIIR 37 1 1303-1308 Case report Original
1t &N, quality of lifelCEBARINENERDHSNT research paper
EEM&AIRA inhibitor high-responder
2 A% RRERRE K #Ha 8, 1998 MARRA VLS —FEAREBCH 1T B L MFGE | FRPR IR 39 6 416-421 Case control study Original
= =505 4, RE B K HEUQOLICBITZTORRIF1TFRFT (Prospective) research paper
MK ABR BETERE HRE
IEEEH B =ME fH—=
AR FEL AR B B
3 a2z A Rz, =E &8 (1998 MARRIERIEECT 92 N TR BT | BRARIIR 39 10 999 Case series study Conference
A& — QOLE LD abstract
4 18 32, = & S8R fEp #& [2000 MARRIERIEECT 92 A TR BT | BRARIIR 4 2 97-102 Case series study Original
A —oaE Bl research paper
5 12 R BRZ#H B&K;8 B [2002 TEMETO MY EARERREAIOF IR |RRIR 43 8 455 Case report Conference
L AHE FNH ZLER B BZ&DQOLNEL A T EEY—RBIIR abstract
= BRI
6 A2 2005 MRHBOEFBEDQOLDEIFAE CEEERECI-EFSE |34 3 163-164 Survey Conference
|20110B abstract
7 AR B F B B4k T |2006 26HP20-5 /NRRACTERBFERUEZRIAL |/INENA INERIEIEE (43 3 690 Survey Conference
=) fRE 5T IR LBEOMARIERMEIECQOLOFHAE(RR | RITHF abstract
H— FEE1,5522mBANENAF S 5548
EIHANBMRF = H4EBANENAE
ET S FIRFHARAME)
8 KU (S,7Kk8 £5,Fk REZ (2006 TERMEFERUE(C LB MRIRDTERAEER BANRMRFSMEE |20 1 22-25 Case report Original
research paper
9 Ohga S.;Nomura A.;Takada |2007 Successful self-infusion of activated Am J Hematol 82 2 145-9 Case report Original
H.;Suga N.;Hara T. prothrombin complex concentrate for research paper
prophylaxis in a child with a factor VIII
inhibitor
10 |FAHE =R HEE Bt &)1 B {2008 MARRBTCHIDERHFTFCELAR-Y | BRARILR 49 9 1209 Case report Conference
e EEEH EFAE NOEBEISHNCLZQOLDNE abstract
B
11 | 8568 2008 BVIIERTF/IA>-I4LT Y REFREICSL |BARNRIIRFSME |22 5-6 366-369 Case report Original
PIEREETGABUECLOEBHIRRIY research paper
(SELRA B — BB M RRAD 5]
12 IR =Kk eZ, ARE 2009 MRFEBE (T ITMAERFTKADIRE  |PEBEAREARIES (52 4 847-848 Cohort study Original
1.5 A8 B RMEE research paper
13 |lRE BER 2009 FOERITR— MBEB(CLDQOLAE ELml | BANERIFSMES 113 2 307 Case report Conference
RIFAEES—024) abstract
14 |k B 85K &,R1R K784 | 2022 MARRAER - FIEOEFOBEICNIZIIY | AANBINE - HAFERM (59 1 19-23 Case series study Original
HE TR %A AITDHR(CEIT DA% EA (Retrospective) research paper
F/NI B, FY SR
15;mR BE/IVE IR 55
R
15 Tsukamoto S.;Tanaka 2011 Arthroscopic ankle arthrodesis for Foot (Edinb) 21 2 103-5 Case report Original
Y.;Matsuda T.;Shinohara hemophilic arthropathy: two cases report research paper
Y.;Taniguchi A.;Kumai
T.;Tomiwa K.;Tanaka
|.;Shima M.;Yoshioka A.
16 |51 BRI HIAL RPE 2012 MARRIERIENEICXT 93 A\ T RIS BT | BFEUEF Supplement (2011 0 Cb0712-Cb0712  |Case report Conference
BOMESEE abstract
17 |FRIB B EP R(CER E (2012 MARRBECHI2RERR FREE- B | PEBEAERIRIES (55 WE¥x  [153 Case report Conference
¥ B A0 S ) MELE IR RO E R E R R abstract
18  |Shibata M.;Nakagawa 2012 Hemostatic treatment using factor VIII Clin Appl Thromb Hemost|18 1 66-71 Case report Original
T.;Akioka S.;Giddings J. concentrates for neutralizing high- research paper
C.;Kanehiro H.;Matsumoto responding inhibitors prior to CVAD
T.;Ogiwara K.;Yada insertion for immune-tolerance induction
K.;Shima M. therapy
19 Nakamura S.;Morimoto 2012 Cost effectiveness of prophylactic Blood Coagul Fibrinolysis |23 3 235-7 Case report Original
A.;Oh Y.;Hayase T.;Kashii treatment with activated prothrombin research paper
Y.;Gunji Y.;Momoi M. Y. complex concentrate in a patient with
inhibitor-positive hemophilia A
20 |fiEiE BfkES RCATH 5 2013 MARBBEC DT LR T BRI | RE R AR ES (56 5 1321-1322 Cohort study Original
— A R BmE)I MDEFFEFENR BlIPRMEE research paper
EF
21 |f&E EANTE RKZ)IME 42 2014 MRREBECHITDRREEQOL (CFE% |BAMIELEMFREE 25 3 388-395 Survey Original
2T HTH 1’ 5Z3ER research paper
22 Nagae Chiai;Yamashita 2016 A cohort study of the usefulness of International Journal of (104 2 208-215 Cohort study* Original
Atsuki;Ashikaga primary prophylaxis in patients with Hematology research paper
Tomoko;Mori Mika;Akita severe haemophilia A
Mieko;Kitsukawa
Kaoru;Yamazaki
Satoshi;Yoshikawa
Kimie;Yamamoto
Hitoshi;Taki Masashi
23 HO8F E—EBYR8E TR 2016 REEQOLNMHBM AR EIEZENE | The Japanese Journal of JARM2016 (1206 Survey Conference
I FEHI:AAE B Jz: 3 Rehabilitation Medicine abstract
24 2017 I REEEEDQOLIZET 2% Survey Research report
E 294 EResearch report
25 |1he W2 EEFE BT |2018 MRFERBAEDOQOLICEHIBAFT Tk |BARMIEIEMFRES 29 2 161 Survey Research report
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A B ZE ZHEF R 5
AU:ANE BF AT B

28FEHERS




# Author Year Title Journal Volume No. Page Study Design Publication
Type

26 @A EER1) , 58 ¥& (2018 MERRBEDEROESE, FR-UARE |LERFEFHMEE 66 1-8 Survey Original
2) , B 1BA3) , K SEOECORA DN ? research paper
B3) , HE #xE3), /N — ERHFRRE L LT DEFEEOREN
M EX4) , L BE KEVEBRIERAE -

4)

27 |FEATRERIR *, SBLOEF, TAT|2018 IX AFEECEDVHHHIIER RS 1X | The Japanese Journal of |55 3 274-278 Case report Original
FRRF, A B, IWKEX BFEE (TIJFY Pediatric research paper

7INTP) (s BEMTsmEoEmyy  |Hematology/Oncology

28 Karumori T1, Chhabra A2, |2018 Factor Dispensation and Expenditures in |VALUE IN HEALTH 21 S1-8115 Cohort study Conference
Alvir J2, Fogarty PF3, Hemophilia B Patients Switching from abstract
Spurden D4, Tortella BJ3, Standard Half-Life to Extended Half-Life
Rubinstein E2, Pleil A5 Recombinant Factor IX Replacement

Products: Real-World Analysis in Japan

29 Risa Matsumura, Keita 2019 Pharmacokinetics of Extended Half-Life |Blood (2019) 134 Case series study Conference
Tomioka, MD, Shiho Factor VIII Products By myPKFiTR Is (Supplement_1): 1127. abstract
Nishimura, MD, Yoko Useful for Personalized Treatment in
Mizoguchi, MD PhD, Hiroshi Children with Severe Hemophilia a
Kawaguchi, MD PhD, Masao
Kobayashi, MD PhD

30 |Midori Shima, Keiji Nogami, |2019 A multicentre, open-label study of Haemophilia 25 979-987 Clinical trial (Open-label |Original
Sayaka Nagami, Seitaro emicizumab given every 2 or 4 weeks in study*) research paper
Yoshida, Koichiro children with severe haemophilia A
Yoneyama, Akira Ishiguro, without inhibitors
Takashi Suzuki, Masashi
Taki

31 |7 AIREO =R B |2020 MARRHFFCECHII P ERIERERF | AANBIR - HPAFERM (57 3 215-219 Case series study Original
AR TEXR OBEAMY 5 research paper

32 | BH 8% #H— LA R |2020 BEERIKFJI—TTEmicizumabBAL | BAMIEIEMFREE 31 2 217 Survey Conference
+ FMARFBASEG OB BE R BE M abstract

33 |iERE B T EIE B |2020 Emicizumab® 3 MIRAEE . FKik. /TS | BAMAEIEMFREE 31 2 271 Survey (HEEWDFAR) Conference
= AF T RNl ([CHMFBEUNORERFIZENHS abstract
AEB

34 | KiE BT AR 2, FEF & 2020 Inhibitorz 5 9 3 MRAEE XTI BIENE | HARBERINRIFRMEE |94 8 $1729 Case report Conference
B MR AR HFH R TBERORFIIRR OB abstract
ERTTE

35 |Sakamoto A.;Nakadate 2020 [Successful treatment by switching from  |Rinsho Ketsueki 61 6 617-620 Case report Original
H.;Watanabe N.;Ishiguro A. activated prothrombin complex research paper

concentrate to emicizumab therapy in a
hemophilia A patient with inhibitors]

36 Furuichi Y.;Nogami K.;Yada |2020 Assessment of self-/parent-reported Haemophilia 26 2 243-250 Survey Original
K.;Nezu S.;Obayashi quality of life in Japanese children with research paper
K.;Saeki K.;Kurumatani haemophilia using the Japanese version
N.;Nakajima M.;Kinoshita of KIDSCREEN-52
S.;Shima M.

37 |MmaRz 2020 IRFEEDQOLIZET 2HRNHI2E Survey Research report

FEResearch report

38 Fuijii T.;Kidoguchi 2021 Budget impact analysis of Jivi J Med Econ 24 1 218-225 Budget impact analysis Original
Y.;Takahashi N.;Yu (damoctocog alfa pegol, Bay 94-9027) in research paper
E.;Ainiwaer D.;Byrne A. severe hemophilia A in Japan

39 Midori Shima, Azusa Nagao, [2021 Long-term safety and efficacy of Haemophilia 27 81-89 Clinical trial Original
Masashi Taki, Tadashi emicizumab for up to 5.8 years and research paper
Matsushita, Koichi Oshida, patients’ perceptions of symptoms and
Kagehiro Amano, Sayaka daily life: A phase 1/2 study in patients
Nagami, Norihiro Okada, with severe haemophilia A
Shingo Maisawa, Keiji
Nogami

40 |#a7K MISE;Faller 2022 RO IARTERSS#ICEREEN: | BARMIEEIFRE 33 2 238 Clinical trial Conference
Mathilde; Toender Sidsel MAREBEEDQoL SHIBERARREROMER abstract

Marie;Porstmann Thomas




