TEDIERE

58 : 297

ST BRI & SRR R E PR LT
1727 b vtF I F (LacCer) HufkBatto 1 41

oo I B EBs R
it #wEY B Swh? RELHEY

BE EMIZ68HENBEME. EREREICE| EHE, BRETREL, REISHBRICRKESES, HRE WK
R & 4 ) NI EIRE 4 - /=, 5880 MRI O FLAIR Ef& CHEAIONRE - EBERRMICSESRE LR, i
FERE CESHREMOMREE B0 . #E, OFRF 7 VIt F I K (LacCer) HifENIREEHEAL,
SUERMTEMNEREA ESEMBROEGMERBM L. X704 R/VUVIEE, MFEHH, £EITOT) o kEFHT
BEETV, BEREE, RIEFBEEEHNEL MR TREBRZE ML LY, TRFEERZERFL L AHE,
#l LacCer AN RRMET, SIMBIEMNERR C SREBREHRE L ALRLERNTHS.

(B PR 4% 2018:58:297-301)

Key words © $17 7 b vt F 3 ¥ (LacCer) Pifk, SMEBEMEMNEREZ (acute disseminated encephalomyelitis; ADEM),
35S, BB B RS A2 % (encephalomyeloradiculoneuropathy; EMRN)

FU &I

HUHE NG AR 25 S0V AR A AR B S D IR BB T B o o C
VBRI EBHBNTWAEY Y, 4, FFEOS, G
ROBFZMIETICH RO SNDL T EPHE SN TND Y, Hikl
JREPUAIZIX, Guillain-Barre JEERECTHAOND L H 12, 7
RS H OMMEIRE 2 R e 208, 7 VEk%E
GERVHHEREZENNEE T2 L0052 Y. ik
WREON T 7 vl 7uay FIZHT L0927 kL7
T R (GalCer) $UKOBEE L 72 2 BEEN T #% (acute
disseminated encephalomyelitis; ADEM) (&, LUiE LIE5IEHR
Bk LGt TH 2 7Y T, 97 bV LT IR
(2% 3 % Bt LacCer PUfiid, RIEFMY 248712 L 0 T siiR
FRHI#E A (encephalomyeloradiculoneuropathy; EMRN) % 75|
SRITEEZLNTEY, REFERIN S 5 UG
EFE SRTWAEYY,

41, bbb Pt LacCer Huff 73BT 2 AR N &
WIS & ZFEMIR A BFE LM 72 1 B2 B L 720 T, SOk
MELEZINZ THRET 5.

E B

fEF : 68 B

FFH o oFW, R, ER

BEAERE © BB AL BIRWME, B4, SilE, GEs
IR, ki, £ T 2

R IR T REHER L.

WELLIE @ BB 40 K/ 0 X 304E, 4 4ERTH S5, K,
10 fERTE T2 4 x 30 4F.

BUREE  FERIR IR B A G O 72 0 BN TH - 7278,
A% AFITHLL Tz, ERBROGITEG 0 1,
HFEV, B, WEAHE Lz B, ATEMRE, HEEE
E AN FERR % R, B MR L EGH 1 (% (DWD)
THBIERSE RIS E TN 2 300, MAFED S Ttk
WAL 72, KBRS 2 H B ICERBRIEASEIT L, CT JafTheEC
AT, sl 2, KENIRE, WIREER L 2o
7o, BERRIEIRE L7225, ERRESHO e o7 B3 H
H o gl Tl £ 26/m (ZIEAZER 94 %), B &
122 mg/dl T, M BV H & ) A7 04 F79V R %
RSNz, %5 H E ISR H I SR8k L 72,

ABEBEBIE © 2L ~NJVIZJCS 1-2~11-10 S8R L, RS
FHECRFNFETH o /2. AR T, 1L 2.5 mm/3.0 mm,

*Corresponding author: & LIS MY B E B ik NEE (T 930-0194 & 1LHi+24F 2630)

YR LK B I e R AR
2 FH PR i A RS A B e P 2

(Received December 22, 2017; Accepted March 15, 2018; Published online in J-STAGE on April 28, 2018)

doi: 10.5692/clinicalneurol.cn-001131



58 : 298

BRIRM#ES 58457 (2018 :5)

Fig. 1 Brain MRI images.
High-intensity areas in the pons and cerebellar peduncles were observed on admission in T,WI, DWI and ADC
map image (MAGNETON Avanto Siemens 1.5 T 6 mm-thick sections, Axial, TR 3,480 msec TE 96 msec).
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Fig. 2 Nerve conduction studies of ulnar nerve on day 35 (A), day 226 (B).
Motor conduction studies of the ulnar nerve show low amplitude, normal conduction velocity and distal latency on day 35.

After immunotherapy, low amplitude improved on day 226.
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Fig. 3 Clinical course of the patient.

After the steroid pulse therapy, the consciousness disturbance and oculomotor disturbance were improved. Muscle

weakness was gradually improved after plasmapheresis. mPSL = methylprednisolone; PSL = prednisolone; DFPP =

double filtration plasmapheresis; IVIg = intravenous immunoglobulin
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Table 1 Reported cases that are anti LacCer antibody-positive in encephalomyeloradiculo-

neuropathy (EMRN).
Previously reported cases” This case

Male/Female 2/2 1/0
Age 50 (26-76) 68
Antecedent event 3/4 (75%) +
Encephalopathy 3/4 (75%) +
Myelopathy 3/3 (100%)

(NA 1) NA
Neuropathy 4/4 (100%) +
Cell no. in CSE /ul 85 (43-116) 25
Protein level in CSE mg/dl 128 (65-192) 122
Consciousness disturbance 3/4 (75%) +
Artificial ventilator 1/4 (25%) +
Neurophysiologic study 2/2/0 1/0/0
A/A+D/D
Treatment: mPSL pulse 3/4 (75%) +
Treatment: [VIg 2/4 (50%) +
Response to immunotherapy, Good/Poor 4/0 0/1

NA = not applicable; CSF = cerebrospinal fluid; A = axonal; D = demyelinating; mPSL =
methylprednisolone; IVIg = intravenous immunoglobulin.
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Abstract

A case of acute disseminated encephalomyelitis concomitant with polyneuropathy associated
with anti-lactosylceramide antibody

Tomohiro Hayashi, M.D.”, Takamasa Nukui, M.D., Ph.D.”, Shutaro Takashima, M.D., Ph.D.",
Yuji Nakatsuji, M.D., Ph.D.”, Sayuri Shima, M.D., Ph.D.? and Tatsuro Mutoh, M.D., Ph.D.?

YDepartment of Neurology, Toyama University Hospital
“Department of Neurology, Fujita Health University School of Medicine

We report a case of acute disseminated encephalomyelitis (ADEM) concomitant with polyneuropathy associated with
anti-lactosylceramide antibody. A 68-year-old man was admitted to our hospital with ophthalmoparesis, bulbar palsy,
tetraplegia after suffering from upper respiratory infection and headache. Subsequently, he developed respiratory failure
requiring mechanical ventilation. Fluid-attenuated inversion recovery (FLAIR) MRI showed high intensities in the pons
and medulla, and a nerve conduction study revealed motor-dominant axonal polyneuropathy. Although the laboratory
tests revealed the presence of anti-lactosylceramide antibody in his serum, he was diagnosed with acute disseminated
encephalomyelitis concomitant with polyneuropathy. Whereas the intensive treatment with corticosteroids, plasma-
pharesis, and high-dose intravenous immunoglobulin (IVIg) brought a moderate improvement, his tetraparesis continued
to exist.

(Rinsho Shinkeigaku (Clin Neurol) 2018;58:297-301)
Key words: anti-lactosylceramide antibody, acute disseminated encephalomyelitis, polyneuropathy,
encephalomyeloradiculopathy




