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1F, YERR I R By e EANRE 2 Y R RICE S
RICEBRERHEM T 2T 2RBHTH DY, NA OIFIE R
B A LIRZEHETIEI RN OO, BEFRWEF, A%
FEET, BEEFERTIESLTnLEEX5N TS,
70, WEORRIMRIC X 5T, HAROBRFRE A & m il
ORI E CHRRGDERETH D 2 L, MRIEIROE SR
EREOSNLIORPETHLZEDRHL N E R DY, FEY L
BRI LERIROOSNTWD., Fxld, 7 vy v VERES
FRHALZ TR T FE (R R 5 C54E L, IgM it GalNAc-GD1a ik
Btk NA &% 2 5N/ iwpl & B L 72720, SCii%
HEMRMET 5.
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B 5T,

FFF - WFOREIMIEE 20

BEAERE © S, WeBSCeie, BHRaE, MRm (52 i &
D AFFEEOATHALe 6%HIHETI Y bu— LV ENT
W7z,

FIGEIE © SRt dIEZ L.

ATGEE OB ARIETEE R L

BURRIE 0 2018 4F 8 H il L, MafM: £ SaMEAR BT & e
BT CTERAENC AR L, BN S0 72, A SR
H e 2 2L, ME a2 VvF U — )b 24.2 pg/dl (6.2~18.0)
EEMETH o2 &, WMHEAIEERERD/2Z s, 7y
DU ERE L BT S N, EIE, IREREE, FERRO
fi, EEREEIL, 5 2~4 JEHEFEIY Young adult mean filix 59 %
FETLTBY, BanFy— VIEDFENHEE S L7,
11 BRI ESG Sl S, i 2 v 5 — )b 5.35 pg/dl
FCETLZ. MgavFy—vfn#EEs LT, vkoa
VFV Y 40 mg/ AN G- SN, EFRESLERELOEH I
LT 10mg/H F Tl S Tz, 2019 48 1 A 14), Wflo
Bfg, NMEDPEISR EA, Wil E TIEA o7, FOHK, 2
R TRMEMIIREDPMIZE R oz 2 A B/,
fix B BIF5 2D TERLC R, FIEE M LUK
RO, 3 AR, FrEAZ LIIWEETH - 7228,
BENHDS > 7-F FFHNT I ENTEXT, FHHL EOEED
Wi & 7 o7z, REBED2D 4 FI2miEAR 222 L.
HUE © B 145.0 cm, A3 41.8 kg, BMI 19.8, Ifi/E
130/97 mmHg, WR¥A 97/57, 1KiR 36.0°C, WIEHFRFZ L, B
HCHERE R 720 L. BRI I B e L. TR B
e L, v, JE S I B R A B 7. T A
N Ch/E) 3, =A% 44, ERTEER 5/5, R =HEAT 5/5,
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Fig. 1 Clinical pictures of hands are shown at maximum finger extension position (A-C) and maximum finger flexion position (D) on admission.

TR R 5/5, FRHIEM 56, FRHEEH 44, FRHE
iR 4/4, /NEBYVEERS 4/4 TH o 72, PRIGHBEASICB VT
&, MR (RREEPE) 3/3, Bl 44 TH Y, MRMNIC T
HIBR % 727 (Fig. 1). JEA7 - wefr 38 i BRI 2 RAERL 12
JR AL Tl i L, Wi JRHlIEEEECTH - 72 B,
3kglB3kg THosz. BMEMm, ZEMWaHm R,
/IR & o L TFNTEREM R0 2. B, R, #ah
#EIZ Tinel sign #2072, FTHBHINZEFHFTHY, W
Bhe B TUHE, W ETREECH 572 BASLFIRICH,ITT
L, FRECEEEELROD S, TR - B -
BREOE TR 2o 7.

TR R - MBS TR T RERFE 2, kR
RRIE, K% RET 5 BOHURIZWINGBETH - 7.
PLA Y 7)Y FHUR % RIS L7/R, IgM i
GalNAc-GDla kD AWtk (+) Th o7z BEIEMREK T,
Cytomegalovirus (CMV)-IgG JuiEl1E (EIA) %7, #
W L. BEH MRI Tld, B, KBRS
T,WI TEfE 5 & 72 2R M2 2 8 7. Fifis MRI
THMIEFE T2, ARAHFHERELZ L, MERICE
HRERIT R L, W - BikiEs MRI TRE 2 L, B
EHEMA TR RO  UNE R TE L h o7z,

PR E M AT, BRSO R (038 3 <0 i A T IR 1
EETHY, mE70y 7 R RN HERDT, B
Wa T a0 RId o7 (Table 1), 1EH, R, HE

MWREDOEE B A A KT L, s o iRk E
EXFEL TV, FROBROBEER & HBEROKT 252
D723, AR TR A M ONRZ 2 A5 T LT
7% <, MREEORBLE 22 BEMETIE, wiho
MWRETOREREILIEFE Th o7z RE MO HRIEE
HEAMORT 20, MREELIFL e, KEmMEo F
BBREAE IR U, BRSNS O HIR AR B B AL O I
TAERED, HERBEOSFEL EOREENDH D L0s, iHE
RESVE D L CIIMERBML K= 2 — 0 F — DG RIS
nr.
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5 MRI THIMREHEICRELZIEMCE o228 h 6, £5
MHZ 2 - F—% 2T L NALBITLZ. BIEDNS 6 7
Hféathd, PR ORHE & WA OHEST Z 520, RN AV Y
O L7z BRI v ¥ v VREBRCAE D APHELR A LT
Wiz7ed, A7 A FFEREDY) A7 3% o 72, 1gM Pt GalNAc-
GDla fifAs il s &6, ¥ - N —JEREEIC
T 2WRE DM L7z, BB L OEEEORIER 2%
ML, BIEND 6 7y AORNT, fE7O7) ¥ Kk
(intravenous immunoglobulin, LT IVIg & W&RE) % JitifT L 72
(0.4 g/kg/H x5 HIM, 2 23— A). IVIgiEfT 4 H H2 590 &
BEREIIHEEL, 6 HEIZEID 3kg 205 6 kg 1I22FE L
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Table 1 Nerve conduction study.
Nerve Side DL (ms) CMAP D/P (mV) MCV (m/s) F-latency (ms) F-freq (%) SNAP (uV) SCV (m/s)
Median R 2.88 6.61/5.98 51.2 24.4 38 4.50 57.8
L 3.20 1.47/1.43 52.0 28.8 13 2.50 54.0
Ulnar R 2.52 2.10/1.87 58.6 26.2 31 3.20 58.1
L 2.16 3.96/3.84 55.3 24.1 19 1.00 53.4
Radial R 3.02 3.20/2.97 69.7 ND ND 13.3 58.2
L 2.46 2.72/1.91 63.2 ND ND 18.9 57.3
Tibial R 3.65 6.78 49.0 45.1 100
Sural R 4.90 51.2

*The abnormal values are underlined. CMAP and SNAP were measured from peak to peak. DL: distal latency, CMAP: compound muscle action
potential, D/P: distal/proximal, MCV: motor nerve conduction velocity, F-freq: F wave frequency, SNAP: sensory nerve action potential, SCV:

sensory conduction velocity, ND: No data.
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B, REIZBWTIVIgE, NA I B BEHD 2.
HICIMER T 5720, #IfET 23R LBIERIZ O W T4
HHAETY, EHTA Y 74— Fartey FERELT
IVIg % JitifT L 7z.

z =

RENE, EEHEMOMBREL FHEL T2 L5MH
Sa—UNF—%E2LZNA EEZ bR, VIgZ X ) MifE
ROFERGEZRO. MUFREREREEZRE L L,
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SRR MR EDO A ALY, BEEICRE 2B TE 5
FEPNIMCTH D 2 &b, ZREH =2 -1/ F— LHFES
NTWBY, LR MEERTS 245, WABHIKN 3ETH
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Abstract

A case of neuralgic amyotrophy with extension disturbance
of fingers after Cushing’s syndrome remission

Akihiro Nakajima, M.D.?, Takao Fukushima, M.D., Ph.D.", Hideki Mori, M.D.?,
Hiroaki Nozaki, M.D., Ph.D.? and Kunihiko Makino, M.D.?

U Department of Neurology, Niigata Prefectural Shibata Hospital

We describe a 57-year-old female patient who experienced hypercortisolemia caused by adrenal Cushing’s
syndrome. Two months post-adrenalectomy, she developed acute severe bilateral pain starting in her fingers and
spreading up her arms. In the subsequent two weeks, the patient presented upper extremity patchy paralysis with
extension disturbance of fingers. In the following two months, she experienced atrophy of the muscles in the hands and
joint contracture. Consequently, we diagnosed her with neuralgic amyotrophy. Nerve conduction studies showed low
compound muscle action potential of all the peripheral nerves in the forearms, suggesting motor neuron axonopathy.
Gadolinium-enhanced MRI and ultrasound studies did not reveal any abnormalities in the brachial plexus and peripheral
nerves of the forearms. The patient tested positive for anti-GalNAc-GD1a-IgM antibodies and received intravenous
immunoglobulin 6 months after the onset of symptoms, which resulted in reduction of pain, muscle weakness, and
contractures. This rare case of potentially immune-mediated bilateral patchy paralysis may have important implications
in the understanding of clinical and pathological heterogenicity of neuralgic amyotrophy.

(Rinsho Shinkeigaku (Clin Neurol) 2022;62:632-636)
Key words: neuralgic amyotrophy, anti-GalNAc-GD1a antibody, Cushing’s syndrome






