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Fig. 1 Jaw-opening dystonia, brain MRI, and *"Tc-ECD SPECT.
(A) Jaw-opening dystonia observed in the patient. (B) The dystonia was relieved by touching the mouth angles with a
thin stick. (C) T, weighted saggital image on Brain MRI (1.5T; TR 440 ms, TE 14 ms) showed a typical “hummingbird
sign”. (D) The cerebral blood flow is remarkably reduced, especially in the frontal lobes on *"Tc-ECD SPECT image.
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Fig. 2 Clinical course.

JHHELMIZ PSP i S - 83 B0 9 B 38 FIIZ T A b =
TEEBLTWZD, 2095 0MD I 1HlOATH 77,
KIMFEEAL IR ZE % 2k U B H 4 DM A, BRI 3E Rt
= F 2V UREO—EIZL 5 TH JOD AE LB T LA
LNTW5,

JOD Oi e LT, IS, HENORIEL: L Y X
THEL 2 B M) v 7 FHAERITH Y, ARBITIEERET
B THIOMHOIGEH RSB SN, ZOXHZALIZD
WX O MDD B 05, BRI ORERNI Lo TY
AN T OJRE & 7 B FEE T RO B & WIS 5 AL A S
NI HEET AL EZONL. L LA L ZORFEE
WHERERE LRz, FRieME 52 57200731
ADREFED SN TS Y, F2, LERSRISI VT
TR POBE - R Y, YT ELAL EOHITWRAKR
IZ X > TEEEDPRALNLHBSH L. RKEID JOD I2BWVTH
JEE N v 7 ORRIE—BETH ), LR RS X B
RowFEL hol, 0k, PN VHIBEEOMEIZLY
JOD 2SEIFLE L7, ARENE RS 3 Uik & EHIR IR L
TW7e7s, Hm BRI IR R & #4212 JOD 8B L 72
ZEnG, BEEMY A N =7 X peak-dose dystonia & (3% 2 12
vy, PSP HE ISR U CHIRF IS8R 7 783 L fils# 1
BTVl B eV AN T THILEEZLLND.
FXI VR OERDSJOD LD ET AV ANZT R OE
BITAHZALIOWTIRWE AL EHNZ WD, B
7 RS2 UREIRO DI, D2 B E BT LI itk
THREIRNECHR T OB & 236 L, HRIMIIEHE O
BEUALZELC Z EAERD—DTH B L s s .

283 AEBEE O 28R w7 & NEE 512 L ) JOD
T AR AL O PSP O 1Bl %A L7z, PSP O—HILimH
HICIE B8 UMEBEANO RUSERRIFTH Y, N—F v
VIR LSRR Z L0 D, R OETRRERDE B2
&L R VIR R SN AEINIZH S5, FITIERFIO L9
12, NN UEEEEO B MR 7 © NSRS 0536 A 1
JODZ0V&BZ3T e ddHbH. /S—F 2V UhFE PSP D
MOEEHEIZONWTHLD TEZ SEOLNTEGNTH -7z, F
7o, WL TR & b bR\ ]0D X, HEZED
WICBWTRBBEI N TV LRI 2w EEBEbN s hy, Afl
DEHIZERPELETUETL2ED DD L 2 &5 il
L, #EICKIGT H2RNETHLEEZ LN

A SLOEEE X5 88 I H AR b b 543 (20114F9 A 10 H)
THEL.

MRS L, BRI RE COLIKREICH 2 22, Mk, FIME
FWIFNbHED FEA.

X #

1) Tan EK, Jankovic J. Tardive and idiopathic oromandibular
dystonia: a clinical comparison. ] Neurol Neurosurg Psychiatry
2000;68:186-190.

2) Williams DR, de Silva R, Paviour DC, et al. Characteristics of
two distinct clinical phenotypes in pathologically proven pro-
gressive supranuclear palsy: Richardson’s syndrome and PSP-
parkinsonism. Brain 2005;128:1247-1258.

3) IEESCR, ILEHEES, JENIERE 5. Oromandibular  dystonia
(2 & 2 R NP RIS & BEIR MNP 2 2 L 728 — %



RS 3 AR TR ZHY X b =7 2 50 L 72 TR IR o 1 61

YV IRO 1H. R 2007;47:577-580.

4) Le KD, Nilsen B, Dietrichs E. Prevalence of primary focal and
segmental dystonia in Oslo. Neurology 2003;61:1294-1296.

5) Mueller J, Kiechl S, Wenning GK, et al. The prevalence of
primary dystonia in the general community. Neurology 2002;
59:941-943.

6) Fukuda H, Kusumi M, Nakashima K. Epidemiology of primary
focal dystonias in the western area of Tottori prefecture in

53 : 311

Disord 2006;21:1503-1506.

7) Barclay CL, Lang AE. Dystonia in progressive supranuclear
palsy. ] Neurol Neurosurg Psychiatry 1997;62:352-356.

8) Lo SE, Gelb M, Frucht SJ. Geste antagonistes in idiopathic
lower cranial dystonia. Mov Disord 2007;22:1012-1017.

9) Jankovic ], Tintner R. Dystonia and parkinsonism. Parkinsonism
Relat Disord 2001;8:109-121.

10) Brotchie JM. Nondopaminergic mechanisms in levodopa-

Japan: Comparison with prevalence evaluated in 1993. Mov induced dyskinesia. Mov Disord 2005;8:919-931.

Abstract

Dopaminergic drug-induced jaw-opening dystonia
in a patient with progressive supranuclear palsy

Ohito Tano, M.D.”, Kimihiko Kaneko, M.D.", Akio Kikuchi, M.D.",
Takafumi Hasegawa, M.D.", Atsushi Takeda, M.D."” and Masashi Aoki, M.D.”

YDepartment of Neurology, Tohoku University School of Medicine

A 74 year-old man with progressive supranuclear palsy (PSP) was adimitted to our hospital. He developed
bradykinesia 13 years previously. Neurological examination showed cognitive dysfunction, supranuclear vertical gaze
palsy, pseudobulbar palsy, and parkinsonism such as akinesia, rigidity, and resting tremor. His chief complaint was
glossoptosis with jaw-opening dystonia associated with rapid dose-elevation and/or overdose of dopaminergic drugs.
After gradual tapering of dopaminergic drugs, he could keep his mouth closed all day. Drug-induced dystonia is a
frequently encountered but often overlooked symptom of neurological disorders. The motor symptoms of PSP
sometimes respond to dopamine replacement therapy; however, it should be kept in mind that rapid dose-elevation
and/or overdose of dopaminergic agents may cause jaw-opening dystonia.

(Clin Neurol 2013;53:308-311)
Key words: jaw-opening dystonia, oromandibular dystonia, progressive supranuclear palsy,
dopaminergic drug-induced dystonia




