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Introduction

Malignant nodular hidradenoma, also known as Malignant
Hidradenocarcinoma (MHA), is a rare tumor of sweat glands that
accounts for less than 0.001% of all tumors [1-3,14]. Although it
typically arises de-novo, MHA rarely progresses from hidradeni-
tis suppurativa (HS), a disorder of apocrine glands characterized
by chronic inflammation [5,6,9]. HS is due to recurrent follicular
occlusion leading to painful debilitating cutaneous/subcutane-
ous abscesses requiring drainage [5,6,9]. Common sites include
axillary, anogenital and inguinal regions [5,6,9]. The worldwide
prevalence of HS is 1%-4% [5,6]. Incidence of all eccrine carci-
nomas is ~ 6% [14]. Risk-factors include family history, obesity,
and smoking [5,6,9]. Severe complications associated with HS
are squamous cell carcinoma and adenocarcinoma [2,6]. MHA
progression is extremely aggressive with 60% cases having met-
astatic spread within the first 2 years of diagnosis [14].

Case presentation

20-year-old female with past medical history of left axillary
HS, initially diagnosed as benign hidradenoma, presented to the
emergency room for profuse bleeding from hidradenitis site.
She had multiple emergency room visits and required several
incision and drainage procedures over the last 2-years prior to
initial presentation. She had grown accustomed to the recur-
rent bleeding episodes from the same location. Due to the his-
tory coupled with progression from purulent drainage to frank
bleeding, additional work-up was pursued.

CT angiogram of the upper extremity showed a heteroge-
neous 8.4 X 5.7 X 11.0 cm mass in the left axilla with an area
suspicious for necrosis. Concerning for malignancy (Figure 1),
she was taken to the operating room for hemostasis as well as
tissue biopsy. Biopsy results of the mass showed predominantly
dermal proliferation of small monomorphic-appearing epithe-
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lioid cells arranged in a well-circumscribed nest with lobes and
a few peripheral mitotic figures with various focal areas of ne-
crosis. These histologic features were most consistent with the
diagnosis of hidradenoma over hidradenocarcinoma. Hidrad-
enocarcinoma was thought to be less likely due to absence of
significant necrosis.

Additional imaging showed findings highly suspicious for me-
tastasis such as a liver lesion and small, bilateral pleural effu-
sions (Figure 2). Biopsy of the liver lesion was similar to the axil-
lary biopsy. Repeat left axillary mass resection 3 months later
showed atypical adnexal tumor of possible sweat gland origin
extending close to the base of the specimen, and lymph nodes
were negative. Immunohistochemical staining was positive for
p63, CK7, and CK5/6.

She was diagnosed with malignant hidradenoma with dis-
ease progression as well as metastatic lesions involving hepatic,
adrenal, nodal, and osseous metastasis (Figure 1B). She was
started on palliative radiotherapy and doxycycline. Unfortu-
nately, she had unrelenting disease progression with bleeding
complications and passed away.
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Figure 1A: Large heterogeneous mass situated in the left axilla with
central areas of hypoattenuation suspicious for necrosis and mea-
suring at least 8.4 X 5.7 X 11.0 cm. )

\
~

Figure 1B: Approximately 5 months after initial biopsy: Left axilla is
invaded by heterogeneous neoplasm extending into the left upper
\\extremity anteriorly to posteriorly. /
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Figure 2: Large necrotic, left axillary mass with surrounding lymph-
adenopathy.
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Discussion

Hidradenitis suppurativa is a chronic condition characterized
by recurrences that decrease in frequency over time [6,7]. A
cohort study of 127 patient with hidradenitis suppurative fol-
lowed for an average of 22 years showed disease improvement
in 31.5%, remission in 39.4%, stable disease in 20.5%, and wors-
ening in 8.7% [8]. Acute disease exacerbation is associated with
premenstrual fares [6,7].

Hidradenitis suppurativa increases risk of developing adeno-
carcinoma and, more commonly squamous cell carcinoma, and
typically arises from chronic lesions of 10-30 year [8,9]. Differ-
entiation between Malignant Hidradenocarcinoma (MHA) and
a benign hidradenoma is difficult; however, the distinguishing
entities include greater mitotic activity, atypical mitotic figure
and angiolymphatic invasion with loss of circumscription [14].
Histological characteristics describe two district cell types of
MHA, darker fusiform cell with eosinophilic cytoplasm and larg-
er cells with nuclear pleomorphism along with atypical mitotic
figures [14].

Currently, there are no uniform treatment guidelines. Treat-
ment approach is dependent upon disease severity. For exam-
ple, localized tumors require a combination of surgical resection
and possible external beam radiation [10,11,14]. There is a role
for chemotherapy with 5-FU or capecitabine in the setting of
metastatic disease [10]. Some studies have suggested using the
following second line agents: bleomycin, cyclophosphamide,
doxorubicin, platins and bleomycin [10,11]. Further targeted
therapy includes the use of trastuzumab, PI3K/Akt/mTOR path-
way inhibitors, epidermal growth factor receptor inhibitor as
well as antiandrogen agents [13,14].

This novel case highlights the importance of maintaining an
open mind and broad working differential as a “Simple Diagno-
sis” of hidradenoma proved later to be metastatic hidradeno-
carcinoma. It demonstrates how difficult it can be to differenti-
ate benign hidradenoma from malignant hidradenocarcinoma.
Furthermore, it stresses the importance of advanced imaging
and histopathology staining as well as the use of biomarkers.
The limited information about hidradenocarcinoma, coupled
with the lack of treatment guidelines underscores the need for
further research.
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