BxXc—19

HPHARBEMAER (RrHRERDR) HRARKSE

Rk 2 44 6 H 6 HEUE
HEE S - 24303
eiEg - HEBmE ()
FRZeHARS ©  2009~2011
EREES - 21590197

MERER (FIX) A FHEREEK jaodor/ &RV EBN M E DB

THZeiERE4 (FEX) Characterization of the medaka (Oryzias /atipes) primary ciliary
dyskinesia mutant, _Jjaodor .
MERERSE

INKR KRSt ( Kobayashi Daisuke )

RBFILERKE - EEHEH - B

MEEEES : 60376548

TR O (Fns0) -

EEMERE (M) 3N, [EF LR B EITFAEL, ZOMRERERIT, KIE,
PEMERUE R, B, A2 Easl S 24, 2o ORBBIFHEEM M Tk
WTHY, ETNVEMEFE ST ENGHTH D, & 2 CHEBIVEREBICRTE 2 ROA XD
B HUK jaodori % FAV>, & DJF[NE /LT dynein axonemal intermediate 2 (dnai2) ™ 525 73
WEEIMHADE—F—F NIV BEEERTH L4 A = OXBEGIEEZL, £D
i R IRE N7 7 o ~ILRAN T OKIROESR, BTS2 5] & Z LT
HTEEHLMNI LI,

WFFERCR OB (3E30) -

Cilia and flagella are highly conserved organelles that have diverse motility and
sensory functions. Motility defects in cilia and flagella result in primary ciliary
dyskinesia (PCD). We isolated a novel medaka PCD mutant, jaodori (jor). Positional
cloning showed that axonemal dynein intermediate chain 2 (dnai2) is responsible for
Jjor. In the joi mutant, cilia in Kupffer's vesicle (KV), an organ functionally equivalent to
the mouse node in terms of left-right specification, are generated but their motility is
disrupted, resulting in a LR defect. Ultrastructural analysis revealed severe reduction
in the outer dynein arms in KV cilia of joi mutants.
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