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Fig. 1 Muscle tissue biopsy.

A) H&E staining of tissue from the first biopsy taken from
the nodule in the right gastrocnemius muscle. Conspicuous
endomysial mononucleated cellular infiltration and a few ba-
sophobic fibers are seen.

B) H&E staining of tissue from the second biopsy taken
from the nodule in the left quadriceps femoris muscle. Endo-
mysial mononucleated cellular infiltration including eosino-
phils (arrows) is evident.

Scale bars indicate 30 um.
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Laboratory findings from the 1st and 2nd admissions

[Parasite-Specific Antibodies]
(Multiple-dot ELISA)

1st admission

2nd admission

Table 1

1st admission 2nd admission
[blood cell count]
WBC 6,190 /ul 6,830 /ul
Eosinophil 42 % 29 %
[biochemical tests]
AST (13-33) 122 U/1 704 U/1
ALT (6-30) 109 U/1 317 U/1
LDH (119-229) 426 U/1 1,483 U/1
BUN (8-22) 20 mg/dl 16 mg/dl
Cr (0.60-1.10) 0.8 mg/d! 0.61 mg/dl
CK (62-287) 5150 U/I 38,803 U/I
[serological tests)
CRP (< 0.1) 0.06 mg/d! 1.82 mg/dl
IgE (< 240) 973 TU/mi NE
anti Jo-1 Ab (< 9) 23 index NE
RF (= 20) 20 TU/ml NE
ANA (—) NE
anti ds-DNA Ab (-) NE
anti Sm Ab (—) NE
anti SS-A Ab (—) NE
anti SS-B Ab (—) NE
anti CENP-B Ab (—) NE
anti RNP Ab (—) NE
anti Scl-70 Ab (—) NE
anti Tg Ab (< 45.0) 175 TU/ml NE
anti TPO Ab (< 7.0) 1.9 IU/ml NE
anti TR Ab (< 15) 0.60 % NE
anti CL Ab (< 10) 12 U/ml NE
anti B2GPI Ab (—) NE
PR3-ANCA (—) NE
MPO-ANCA (-) NE
ACE (6.0-22.0) 122 U/1 NE
CEA (< 25H) 1.0 ng/ml NE
CA199 (< 32.0) 17.8 U/ml NE
PIVKA II ( < 40) 26 mAU/ml NE
AFP (< 6.2) 2.8 ng/ml NE

Dirofilaria immitis (—) NE
Toxocara canis (—) NE
Ascaris lumbricoides suum (—-) NE
Anisakis (—) NE
Gnathostoma doloresi (—) NE
Strongyloides stercoralis (—) NE
Paragonimus westermanii (—) NE
Paragonimus miyazakii (—) NE
Fasciola hepatica (—) NE
Clonorchis sinensis (—) NE
Sparganum mansoni (—) NE
Cysticercus cellulosae (—) NE
(Microplate ELISA)
Toxocara canis (larva) (—) NE
Ascaris lumbricoides suum (—) NE
Trichinella spiralis (—) NE

() : normal range NE: not examined
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T2-weighted Gd(+)T1-weighted

Fig. 2 Muscle MRI of the lower limbs.
A) First admission. T2-weighted (TR 3,150.0/TE 930, left panel) and gadolinium-enhanced T1-
weighted (TR 403.0/TE 11.0, right panel) images of the crura.
B) Second admission; before treatment. T2-weighted (TR 4,420.0/TE 89.0, left panels) and gadolinium-
enhanced Tl1-weighted (TR 551.0/TE 11.0, right panels) images of the thighs (upper panels) and
crura (lower panels).
C) Second admission; after treatment. T2-weighted (TR 4,420.0/TE 89.0, left panels) and gadolinium-
enhanced T1l-weighted (TR 551.0/TE 11.0, right panels) images of the thighs (upper panels) and
crura (lower panels).
Arrows indicate inflammatory lesions. Note that the lesions are moderately shrunken after 48-days
of corticosteroid treatment.
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prednisolone
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Fig. 3 Clinical course.

After starting prednisolone, serum CK level decreased dramatically; while muscle power gradually

recovered and the nodules disappeared.

Table 2 Case reports of eosinophilic myositis with nodules

. course recurrence
Case reports age/sex e%esf;%?)irﬂalla an{iob-(l) dy treatment o éggﬁg 0 (C}(;iréltglre;)e

Present report 72M - + prednisolone (60mg/day) improved +
Arness et all®) (Patient 1) 35M + - albendazole (600mg twice a day) improved +
Hall et al® (Patient 1) 44F — (Ist), + (2nd) - prednisolone (30mg/day) improved +
Yonker et al® 70F - - prednisone (20mg/day) improved -
Aufdemorte et al? 53M - - penicillin,tetracycline improved -
Chin et all¥) 29F - - prednisolone (60mg/day) improved -
Hatakeyama et al23) 56M + - indomethacin improved -
Masuzawa et all®) 79M - - steroid improved -
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Abstract
A case of eosinophilic myositis in continuum from localized nodular myositis

Dai Matsuse, M.D., Koji Ikezoe, M.D., Hiroshi Shigeto, M.D.,
Hiroyuki Murai, M.D., Yasumasa Ohyagi, M.D. and Jun-ichi Kira, M.D.
Department of Neurology, Neurological Institute, Graduate School of Medical Sciences, Kyushu University

We report a 72-year-old man with eosinophilic myositis (EM). At age 71 he noticed a painful nodule in his left
calf. A biopsy (first biopsy) showed marked infiltration of mononucleated cells and necrotic muscle fibers. Several
phagocytosed fibers were also seen. He was diagnosed as having myositis. The painful nodule disappeared sponta-
neously. At age 72, he again had a painful nodule, but this time in his right calf; again, this disappeared spontane-
ously on the first admission. Just after discharge, he noted painful nodules in the left thigh and right anterior tibial
muscles and was again admitted (second admission). Neurological examination revealed mild proximal-dominant
weakness in all four extremities but no other abnormalities. Laboratory studies showed elevated creatine kinase
(CK) level (38,803 U/I: normal 62-287) and positive Jo-1 antibody, but no eosinophilia. Needle electromyography of
the limb muscles showed myogenic patterns. Magnetic resonance imaging of the lower limbs demonstrated sev-
eral T2-high and gadolinium (Gd)-enhanced lesions. Muscle biopsy (second biopsy) from the left quadriceps femoris
showed marked infiltration of eosinophils; he was diagnosed as having EM. Administration of prednisolone was in-
itiated at 60 mg/day and then gradually tapered. After starting treatment with steroids, his muscle weakness
gradually ameliorated, CK level dramatically decreased, and the nodules disappeared. Clinically, the patient had
developed localized nodular myositis (LNM), but pathologically it was EM without peripheral blood eosinophilia
and positive Jo-1 antibody that is occasionally found in polymyositis (PM). Thus, this patient demonstrated over-
lapping characteristics of EM, LNM, and possibly PM, suggesting that a common mechanism underlay these con-
ditions. As discussed, the involvement of eosinophils in three inflammatory myopathies was indicated.

(Clin Neurol, 48: 36—42, 2008)

Key words: eosinophilic myositis, localized nodular myositis, anti-Jo-1 antibody, painful nodule, polymyositis




