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F R0 AR F FEERB (PRE) ORESRIEISRIZENIC I D AR SEpiphyseal Chondrodysplasia Miura
type (ECDM) idifpkfe & S5, CEBIF R U 2 AR~ F F (CNP) /NPRBI 7743, SiffEEicfBas 38 & 0vibh
A0, TOBROFEMLREATH S D, AR O HECOMO IS T T REFHT A L & LT,

BCOM @2 &7 2l 7 R THERRA iR sl i O IB AHE AR L, BEAL IR alsk L T S AN 2eE L,
Wrs, BT AT, WREERFFEME{LT B L CRRRD U AR {bAPCyelin DG T OB AR THE X 1., NPRDOTE (L
o L S B CRERRR S H#oCyelin DITRESAIZ L B 2 v A &N, B, @il TR ET L o O ES
IEEAR OB ARG R T D o B{ECRERPCyelin DI® s»a"ﬂ'mfﬁﬂu%%w oo BALORERS L, ECOVT RN XN
N 35S HNPRBDIEMEALAICREBD Y S ELCyelin DIDRBEHH T D 2 & T, JBXREMRE A ~ahbE, 1T
RMCEIE QIR LTBREERET S LEALGRE, Aimm:tl;tECDWhﬁﬂH&%T«E&FF?HJ}w‘Cfﬁ Lizz &b
R 5,
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Synopsis of Thesis

A &

CREB activation in hyportrephic chondrooytes is invelved in the skeleotal overgrowth in
eniphyseal chondrodysplasia Miura type caused by activating mutations of nuiriuretic
FHSCRAA ) peptide receptor B

Title (F P Y 7LFRATF F Lt & —BOMBREHESEERC L 0 IEAT Hepivhyseul
chondrodysplasia Miura typellf T SHEEMRE B ARG MIIRICE T S CREBD IS {L A2 G 54
D)

RXNEDOHEG

(B #%(Purpose)]

T U ARRATF FEEER (NPRB) (HONPOES 12 L 0 oGMPR BEA: B, CMP/NPRBI- A4S, B R L <
RzBVTEFgoRECMETA T LARLATHSD, WRBOBREEEZRTITRRERE % B Sepiphyseal
chondradysplasia, Miura type (UCOM) 231&4Z 2, CNP/NPRBL #F A & DB EH OB VWO E
PR ERE S REN TN 0, BRFE TIIECIHO BB E OME D Tl O MR & R,

(7 iE4p & UNT i (Methods/Results))

FCNDET A= 7 A T HIEEREA ENPRB E B B BB X gl v 0 R (L TENR = 7 2) B4t oMiE
EFATHDATDCS, WAER = X B RS #IR e B O CREf 217 2 7,

B REFE T & A2 S ERUNBOE R v 7 ADMERERICE VT, FEHENPRB & transgeno A SENPREIEIE I B A
B A BB L C Y, NPRE Y &7 A OHUREE BIE R e Th 5 o LR &, £, E8~va T
IR E ORI L E RS2 &b, B~ 2 RO E R E FoREICES < D B Ll
Too EiZIBEREAROIPEEORRZGELEE IS, BrdUF R ) W RO SRN G, SR~ A0 ARIE
2, MO b AR AEE B MA R L TN E 2 AR Ehd, Ad, IBRIEMmRO TR — 2T
Bl TR LS ThoTr, RIEMEWEET A 2BV TO T RREDRMNET 2. B Mg EEATICE 2 1
W, B BN TONPE BRI L THMRBE IS EE, 20X T ARBOTLERT ) —ov X Ltk oA,
Sr{b B W T ONRBIEHE( IS & U CRER (cAMP response clement binding protein) WU WEMREN D I E i ho
feo Eio, ATDCSOIEAR BRI T S NPRBFEMELO BRI DV CHARIBRIZAIT L & 25 CREBOEIGTh &
FZLAMHR TV DCyelin DIEBETOIRRS . ATDCOA E# M CONPRBIGMEIC L D B IR, FEE v vk
SRR ST b SO BB E B, E10. HINERMCOMPDEMIZ & 5 T HCREBD U L EILATG
Lise AR 7 X B A OE S I~ O CRPTRINC & D NPRBEIFHE(Y LT b cAMPORE 4 pARGTa4-3°, & 7~ NPRBIE
PRI K SCREBD U - BHRIIPKAREAIC L 2 CHBE S Ao, TR GOFERL L, VWWREERELID L S CRERD
U B cAMP IR S cOMPR A LT B = MR &7, & LIS, NPRE & AP BRI CREB-Cyclin D1& 4t
L CHRRTIENICMS L Tn 2 Y 5 nBii Ui, B4R~ o 2 Sy {RE MIE i 5V T, ONPTRIN Tl
= ONPREDFFHE{IC K 0 AR ORHE A 2 2 ¥, T O{EMIECyelin DU FFLCREBILE A& RIBFFMT 5 2
sk U Rs &,

MAET A THLREFERN, in vivol BV THHTIEEDIMNE I PRMTEH, EBREBORR- Y AD
R RN LRERAa LT, i~ — 7 —CTHHKIeTD oAl BaBlwr X LER I RICE
WTIE S A SRR IS EE LA, Tl U A CRIBKIRER IS b % T, BrdlZ LY o & b —E
L7t Cdofz, o, U EECRER. Cyelin DUCEHT &P E A RIS E im0 L B, B2 AL
DT F TR E ISR LA, ER -9 R CRIBABREBICLIBEE 2 R0 A, 2, ERYS 28
FWEATCIE, Ki67 & U E{ECREB, U 2 E{ECREBE Cyclin DIAAILEAT DR MEI A, Jh & OEEM
B, in vivelZdS ' Th. NPRBORRME{RIZIEARRE MM 2 T HCREBG U 288k L Cyclin DIORBHREBH L, ¥R
RS D LalREE AN,

{#  {&(Conclusion)}

BCDM L, NPRBOMEAS: (L ASRE AHUE-HIE CCREBD U VB L 23 L, cyclin DIOFEHEFEH 2 L TN E
ST L LY BHRBEERRTIEL BRI




