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Abstract:

Panniculitis, a rare cutaneous manifestation in patients with dermatomyositis (DM), usually presents as a
painful erythematous lesion. We herein report a 32-year-old woman with panniculitis that appeared as an in-
durated plaque without pain or redness after a 4-month episode of clinically amyopathic DM during treat-
ment with prednisolone and tacrolimus. She experienced no pain; however, the firmness and extent gradually
worsened. Based on our findings, including the histopathological results, DM panniculitis was diagnosed.
Azathioprine was additionally administered, leading to remission. DM panniculitis can develop as a painless

induration during immunosuppressive treatment, and azathioprine may be a useful treatment.
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Introduction

Dermatomyositis (DM) is a chronic inflammatory disorder
characterized by various cutaneous lesions, along with mus-
cle and lung involvement. Panniculitis is a rare manifesta-
tion in patients with DM and reportedly presents as a pain-
ful erythematous nodule or plaque (1, 2). However, pannicu-
litis without remarkable pain or redness is not well known.

We herein report a patient with panniculitis that appeared
as an indurated plaque without pain or redness during clini-
cally amyopathic DM (CADM) treatment, which was suc-
cessfully treated with methotrexate and azathioprine.

Case Report

A 32-year-old woman was referred to our hospital be-
cause of a skin lesion and joint pain. A physical examina-
tion revealed periungual erythema, mechanic’s hands, mild
alopecia, facial erythema, and painful erythema on her right
thigh (Fig. la, b). There was no muscle weakness or myal-
gia, and no rales were heard.

Laboratory examinations revealed slight elevations in her

levels of creatine kinase (169 U/L; normal, 30-165 U/L), al-
dolase (8.2 U/L; normal, 2.5-7.5 U/L), serum ferritin (153.0
ng/mL; normal, 10-120 ng/mL), C-reactive protein (0.32
mg/dL; normal, <0.10 mg/dL), and lactate dehydrogenase
(327 U/L; normal, 120-230 U/L). The Krebs von den
Lungen-6 (369 U/mL; normal, 105-435 U/mL) levels were
not elevated. However, a high titer of anti-MDAS antibody
(147.0 index; normal, <32) was observed. Anti-nuclear anti-
body and other autoantibodies, except for the anti-MDAS
antibody, were negative. Chest computed tomography indi-
cated slight peripheral consolidations (Fig. lc). A skin bi-
opsy of the right thigh revealed parakeratosis, liquefactive
degeneration below the epidermis, and mild lymphoid infil-
tration in the perivascular area of the dermis, which was
consistent with DM (Fig. 1d). Mucin deposition was not ob-
served, and there was no remarkable change in the fat tissue
(Fig. 1le). Given these findings, we established a diagnosis
of CADM according to the definition of DM-related
terms (3). The patient was treated with prednisolone (60 mg/
day) and tacrolimus (3 mg/day), and gradual improvement
was observed in the cutaneous lesions and joint pain. Pred-
nisolone was tapered, and she was discharged after one
month.
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Figure 1. Cutaneous and lung lesions at the first visit. (a) Painful erythema on the right thigh. (b)
Periungual erythema and mechanic’s hands. (c) Peripheral consolidations on chest computed tomog-
raphy (arrows). (d, e) Histopathology of the first biopsy from an erythema on the thigh. (d) Parakera-
tosis, liquefactive degeneration below the epidermis, and mild lymphoid infiltration in the perivascu-
lar area of the dermis [Hematoxylin and Eosin (H&E) staining, x200]. (e) No remarkable changes in
the fat tissue (H&E staining, x100).

(a) An indurated plaque without pain on the lateral side of the thigh, slightly proximal to
the initial lesion (marker). (b) A high-intensity area noted subcutaneously on fat-suppressed T2-
weighted magnetic resonance imaging (arrow). (c-e) Histopathology of the second biopsy from an
induration. (c) Interstitial mucin deposition between collagen bundles in the dermis (Alcian Blue-PAS
stain, x100). (d) Thickening of the epidermis and fibrous hyperplasia in the dermis [Hematoxylin and
Eosin (H&E) staining, x200]. (e) Fibrosis and mild lymphoid infiltration in the fat tissue that was not
observed at first biopsy (H&E staining, x100).

Figure 2.

Three months after discharge, however, while still taking
16 mg of prednisolone and 4 mg of tacrolimus daily, the pa-
tient noticed an induration on the lateral side of her right
thigh, slightly proximal to the initial erythema (Fig. 2a). She
did not experience any pain, except when it was strongly
compressed. Another small induration also appeared on the

left thigh and buttocks, and the firmness and extent of the
lesions gradually worsened. Magnetic resonance imaging
showed a high-intensity area subcutaneously on fat-
suppressed T2-weighted images, which was faintly con-
trasted (Fig. 2b). A skin biopsy revealed thickening of the
epidermis as well as mucin deposition and collagen fiber hy-

2698



Intern Med 60: 2697-2700, 2021

DOI: 10.2169/internalmedicine.6931-20

PSL 60mg

40mg
25mg

TAC

3mg 4mg

periungual erythema
skin

lesions
{3 o (D

200.0
173.0

Panniculitis

4.5mg

150.0 @-_\
. e _____#-MDAS anibody titer(index) s e S
~~~~~~~~~~ 60
‘‘‘‘‘ @ 43
500 Fertitin (ng/ml) o TTTTmesmeeeeans & 27
------- e J

0.0

Day 0 120 300 500 700 1000

Figure 3. Clinical course of the patient. PSL: prednisolone, TAC: tacrolimus, IVIg: intravenous
immunoglobulin, MTX: methotrexate, AZA: azathioprine

perplasia of the dermis (Fig. 2c, d). Furthermore, fibrosis
with mild lymphoid infiltration was observed mostly at the
septa of the fat tissue (Fig. 2e). Based on these findings, we
established a diagnosis of panniculitis associated with DM.
Other cutaneous manifestations, such as periungual erythema
and mechanic’s hands, were not exacerbated. The patient
was treated with an increased dose of prednisolone (40 mg/
day) and intravenous immunoglobulin. There was a tempo-
rary improvement in the subcutaneous indurations; however,
the area and firmness of the lesions worsened when predni-
solone was reduced to <20 mg/day. Although the additional
use of methotrexate was effective, the lesions worsened
again when methotrexate was discontinued because of the
patient’s wish to become pregnant. We added azathioprine,
which resulted in evident improvement in the indurations,
and reduced the dosage of prednisolone (Fig. 3). The lesions
continued to be mildly firm; however, prednisolone was re-
duced to 5 mg/day with no worsening of the lesions. Periph-
eral consolidations of the lung were gradually improved
throughout the course of treatment.

Discussion

We herein report a patient with panniculitis associated
with CADM that developed as an indurated plaque without
pain during treatment with prednisolone and tacrolimus.
Panniculitis is reported to occur as painful nodules on the
buttocks, arms, abdomen, and thighs and rarely manifests in

patients with DM (1). Panniculitis can develop at any time
during DM, either as an initial symptom or during treat-
ment (4). The histopathologic findings are reportedly similar
to those of lupus panniculitis, lobular panniculitis with lym-
phocytic infiltrate, mucin deposition between collagen bun-
dles, and sclerotic changes in the septa (5, 6). In the present
case, panniculitis occurred during treatment near the initial
erythema but was quite different clinically and histopa-
thologically. It developed silently, without pain or infiltration
of lymphocytic cells. The pathogenesis of panniculitis in
DM remains unclear; however, the features of our patient
may reflect the condition of receiving immunosuppressive
treatment with moderate doses of prednisolone and
tacrolimus.

Anti-MDAS antibody is a specific myositis-associated
autoantibody, reported to be associated with a high fre-
quency of rapidly progressive interstitial lung disease and
joint involvement (7). Regarding cutaneous findings, palmar
papules, ulceration, lateral digit hyperkeratosis, and alopecia
have been reported as distinctive lesions (8). The titer of
anti-MDAS antibody is reported to correlate with the disease
activity in patients with DM (9), and in this case, the titer
decreased with improvement in panniculitis and lung le-
sions. Some reports have discussed the association between
panniculitis and MDAS (10, 11); however, the number of
patients has been small, and further studies are needed. We
found five case reports of patients with anti-MDAS

antibody-positive DM complicated with panniculitis, and all
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patients had panniculitis as their initial symptom (12-16).
Our case showed that patients with anti-MDAS antibody-
positive DM can develop panniculitis even during treatment.

At present, there is no established treatment for panniculi-
tis in DM. High-dose corticosteroids are the main treatment
in most cases, and various drugs are used empirically, such
as methotrexate (17), hydroxychloroquine (18), and intrave-
nous immunoglobulin (19, 20). Our patient developed panni-
culitis under treatment with prednisolone and tacrolimus.
The effectiveness of increasing the dose of prednisolone and
intravenous  immunoglobulin temporary,
methotrexate had to be discontinued despite showing a good
response because the patient wished to get pregnant. There
are limited reports on the effectiveness of azathioprine in
DM panniculitis (21); however, azathioprine is reportedly
useful, both initially and during maintenance therapy for
DM, and contributes to survival benefits. Furthermore, the
recommendation of the European League against Rheuma-
tism classified azathioprine as a drug that could be contin-
ued during pregnancy and lactation (22). This case showed
that azathioprine is a useful option in the treatment of DM
panniculitis, especially for women of child-bearing age.

In conclusion, we encountered a patient with DM panni-
culitis that developed as an indurated plaque without pain
during immunosuppressive treatment. The effectiveness of
prednisolone, tacrolimus, and intravenous immunoglobulin
was insufficient; however, azathioprine showed a good effect
of improving the firmness and extent of the lesion. Pannicu-
litis should be suspected when an indurated plaque is ob-
served in patients with DM, even if it is not painful. Simi-
larly, azathioprine may be useful in the treatment of DM
panniculitis, including for women of child-bearing age.
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