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WFFERR SR OBEEE (Fn30) :FOXP2 D RE53H D ZE FITFREFEEFE ORIK Th v HELIEFETO v K FOXP2
D27 X BROBEIRITEFEER & B HEIBIE L TV %, Foxp2 (RB52H) KT <= 7 ZDOFEATIZ L 1 |
t RS (articulation) BERE & ~ 7 ZEBE I EE (USV) BERE & ORIZ Foxp?2 % i AAE N ELE
THZEBH LN E o7 (PNAS 2008), AWFFEIL USV FEE D Foxp2 (R552H) v 7 Z/MKIZ & |k
FOXP2 23l W 7= Tg v 7 A ZMEAT L, USV & SEICH 5T 54 TR DRI 2 3 27~
P, SHEEEALLLARIE FEEMERO Y F 7 AREIIERD L, /NN 5 SiEEE
LRI L DFMRE A ST L= (PLOS One 2012), F7-. /INIMT Foxp2 755 B 481+
HBEMETFE LT HHAMBEEDRKERLE T TH H D CNINAP2 DRFH- 2 #4E L 7= (Neurosci. Lett.
2012), /NIMFEEERFE T, USV B B/ I2HET 5 Foxp2 DT A Y 7+ — LN TS )LF o=
R OBHRZEETEZR & B LT\ b Z & J. Neurochem. 2012), Foxp2 EfEETHEHELT
POT1 DIFEFEA B 5202 L72 (FEBS Letter 2012), X512, /v =i K5 FLAG 72 Pep2/LT
TaE—H—% T, MycTag I L7t k FOXP2 % Foxp2 (R552H) —KI RE~ 7 A & /MK
FRBPIGT=Tg~w U AT L, BEEORIEAZHEZE L,

e R OME (30) :  The phenotype of speech-language disorder segregates as an
autosomal dominant trait. Omne-half the members of the KE family with
speech-language disorder have severe articulation difficulties accompanied by verbal
and orofacial impairment. A missense mutation (R553H) in the forkhead domain of
FOXP2 co-segregates with the affected members of the KE family. We have bridged the
gap between the fMRI data and speech-language ability using knock-in mice with the
Foxp2AR552H) mutation, FoxpAR552H)-KI mice (Foxp2-KI mice), which is related to
the FOXP2(R553H) mutation (PNAS 2008). Foxp2-KI mice exhibit impaired USV
communication.Foxp2(R552H) increase cerebellar CNTNAPZ2 gene expression
(Neurosci. Lett. 2012). FOXP2 promotes the nuclear translocation of POT1, but
FOXP2(R553H), mutation related to speech-language disorder, partially prevents it.
Cadml-expressing synapses on Purkinje cell dendrites are involved in mouse
ultrasonic vocalization activity (PLoS One. 2012). We generated transgenic mouse
lines (Pcp2-FOXP2-mycTg; FOXP2Tg) that specifically express human FOXP2 in
Purkinje cells, by using BAC transgenesis of Pcp2 gene and FoxpZAR552H)-K1/
Pcp2-FOXP2-myc-Tg mice (Foxp2KI/ FOXP2-Tg) by mating with Foxp2-KI mice and
examined the effects of FOXP2 on the USV function and Purkinje cells.
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