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CASE REPORT
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Pseudo-inflammatory tumors are also known as plasma cell
granuloma, inflammatory pseudo-tumor and inflammatory
myofibroblastic tumor, and these tumors are a group of
highly variable proliferations of myofibroblastic cells that are
associated with a prominent inflammatory infiltrate. This
tumor is known to most commonly occur in the lungs,
bladder and gastrointestinal system with only a few cases
having been reported in the skin. A previously healthy
26-year-old man presented with a 6-year history of an
intermittently pruritic lesion on his back. On the histologic
examination, there were spindle cells in fascicles and a
mixed inflammatory cellular infiltrate of plasma cells and
lymphocytes. A diagnosis of inflammatory fibroblastic tumor
was made and the nodule was surgically removed. We report
here on an additional case of this rare cutaneous entity, and
it is probably the first such report from Korea. (Ann Dermatol
22(1) 91~95, 2010)
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INTRODUCTION

Inflammatory myofibroblastic tumor is also known as IMT,
inflammatory pseudotumor, plasma cell granuloma and
pseudo-inflammatory tumor, and it is a generic term that is
applied to a variety of neoplastic and non-neoplastic enti-
ties that share a common histologic appearance, namely, a
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cytologically bland spindle cell proliferation with a prom-
inent, usually chronic inflammatory infiltrate. IMT occurs
in various organs and among them, the lung is the most
frequently affected organ followed by the liver, lymph
node and spleen. Yet only 16 cases of cutaneous IMT
have been reported in the literature. We report here on an
additional case of this rare cutaneous entity.

CASE REPORT

A previously healthy 26-year-old man presented with a
6-year history of an intermittently pruritic lesion on his
back. There was no history of preceding trauma, surgery
or arthropod bites. There were no lymphadenopathies or
constitutional symptoms, and the laboratory findings were
unremarkable. On examination, there was a brownish col-
ored, palpable indurated nodule (Fig. 1). The overlying
skin showed slight red-brown discoloration with a rough
surface. We elected to perform excisional biopsy for mak-
ing the diagnosis and the pathology report stated that the
tumor was composed of a proliferation of spindle cells.
These spindle cells were typically uniform and predom-
inantly myofibroblastic in appearance, with palely eosino-
philic cytoplasm and ovoid vesicular nuclei. A heavy in-
filtration of plasma cells was observed predominantly in
the periphery and to a lesser extent in the central area of
the tumor (Fig. 2). Occasional lymphoid follicles were ob-
served around the tumor. The spindle cells were im-
munoreactive for smooth muscle actin and desmin, but
they were negative for S-100 protein and C-kit (Fig. 3). The
inflammatory component was polyclonal with both kappa-
and lambda-positive populations.

After considering all these findings, the lesion was diag-
nosed as an inflammatory myofibroblastic tumor. The le-
sion was surgically removed and the patient has remained
healthy 11 months after surgery.
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Fig. 1. A brownish colored palpable indurated
nodule with a rough surface on the upper back.

Fig. 2. The tumor cells had plump spindle-
shaped cytoplasm and the cells were arranged
in fascicles or epithelioid nests with collagenous
stroma (A: H&E, x40, B: H&E, x100). The
inflammatory part showed a cellular infiltration
that consisted of plasma cells and lymphocytes
(C: H&E, x100, D: H&E, x200).
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Fig. 3. (A) Staining for smooth
muscle actin (SMA) highlights the
spindle cells and confirms their
myofibroblastic nature (Immunohis-
tochemistry for SMA, x100). (B) The
tumor cells show a weak positive
immunoreaction for desmin (Immu-
nohistochemistry for desmin, x 100).

Table 1. Summary of the clinical features of cutaneous IMTs in the literature

Hurt et al."’ (1990) 1 M
2 M
3 F
4 F
Yang'' (1993) 5 M
Vadmal and Pellegrini'? (1999) 6 F
Nakajima et al.” (2001) 7 F
8 M
9 F
El Shabrawi-Caelen et al."* (2004) 10 M
11 F
12 F
Yung et al.” (2005) 13 M
Saricaoglu et al.'® (2006) 14 M
Pagni'’ (2007) 15 M
Gonzalez-Vela et al."® (2007) 16 M

- Arm Excision USA

- Arm Excision

- Calf Excision

B Neck Excision
44 Hand Excision USA
49 Arm Excision USA
25 Thigh Excision Japan
89 Shoulder Excision
70 Scalp Excision
15 Shoulder Excision Austria
56 Arm Excision
56 Arm Excision
33 Shoulder Excision England
57 Cheek Excision Turkey
63 Arm - Italia
10 Arm Excision Spain

DISCUSSION

IMT was first described in the lung in the 1950s, and at
that time it was considered a reparative post inflammatory
condition rather than a neoplastic process'. In the early
1990s, Meis and Enzinger’ published an article about
these ambiguous tumors that occurred in children and
adolescents, which they termed "inflammatory pseudo-
sarcoma". In 1995, Coffin et al.’ reported on 84 cases of
extrapulmonary IMT that overlapped clinically and histo-
logically with inflammatory fibrosarcoma. Over the last
two decades, IMT has emerged as a distinct entity with

characteristic clinical, pathologic and molecular features.

Because the terms "inflammatory pseudotumor" and
"inflammatory myofibroblastic tumor" are interchangeably
used in the literature, accurate data regarding the in-
cidence and anatomic distribution of IMT is difficult to
obtain. However, several articles reported that the most
common anatomic locations are the lung, abdominopelvic
region and retroperitoneum, but virtually any site may be
involved, including the somatic soft tissues, bone, larynx,
uterus and central nervous system*®. One recent review of
44 IMTs reported that approximately one third of the cases
were pulmonary IMTs and two thirds were extra-pulmo-
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nary IMTs, and only one case manifested in the skin’.
Cutaneous IMT is very rare and to the best of our knowl-
edge, only 16 cases of cutaneous IMT have been reported.
The patient characteristics and anatomic locations of the
reported lesions are listed in Table 1'%,

The clinical presentation of cutaneous IMT is not specific
and this tumor varies in size and shape. The patients gen-
erally present with a mass without specific symptoms, so
this entity seldom enters the differential diagnosis at the
time of the initial evaluation. But IMT is histologically
characterized by a spindle cell proliferation and a prom-
inent inflammatory infiltrate. The spindle cells of IMT are
predominantly myofibroblastic in appearance and there-
fore, IMTs are positive for smooth muscle actin in 80~
90% of the cases and they express desmin and calponin in
60~70%'*". Mild nuclear pleomorphism may be seen,
but hyperchromasia is absent and atypical mitoses are also
rare. The inflammatory portion is primarily composed of
plasma cells and lymphocytes, with occasional admixed
eosinophils and neutrophils. The plasma cell infiltrate is
polyclonal.

Histologically, IMT of the skin should be differentiated
from dermatofibrosarcoma protuberans (DFSP), sclerosing
lymphoma, solitary fibrous tumor, nodular fasciitis and
other infectious process'>. DFSP typically shows spindle
cells infiltrating to the adjacent area and any inflammatory
infiltrate is minimal or absent. Most DFSP are CD-34
positive. Sclerosing lymphoma rarely occurs in the skin
and this lesion is composed of large atypical lymphocytes.
Nodular fasciitis usually presents as a rapidly growing
nodule and it shows a proliferation of plump, young my-
ofibroblast in a myxoid stroma.

The main stay of therapy usually includes surgical ex-
cision, and recurrences have been reported in up to 25~
40% of the cases of pulmonary and extrapulmonary IMTs.
Recurrence has been suggested to be more common if the
lesions are extrapulmonary®.

In conclusion, we report here on a rare case of cutaneous
IMT with a review of the medical literature, and this is the
first case of cutaneous IMT reported from Korea. Including
the present case, none of the previously reported 17 cases
of cutaneous IMT have shown constitutional symptoms,
local recurrence, lymph node involvement or malignant
behavior. There is still controversy regarding the patho-
genesis, that is, whether it is a reactive process due to
some stimulus or it is a true neoplasm'®. Although the pre-
cise etiopathogenesis and biologic behavior of IMT are un-
known, these tumors should be approached with caution,
and particularly when they show a myofibroblastic pro-
liferation stimulating a low grade mesenchymal neoplasm.
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