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Case Report
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ABSTRACT

Clear cell hidradenoma is a benign skin appendage tumour, these lesions have a wide histological
spectrum and many different terms are often used to describe the same tumour. These tumours grows
slowly and present in their fourth decade or older. Wide local excision is the treatment option for
hidradenoma. We report a rare case of a patient with clear cell hidradenoma of ear lobe, who underwent
wide surgical excision under local anaesthesia. Its surgical repair places a challenge due to the difficulty
of natural appearing and durable outcome. Reconstruction of ear lobe had done in a single stage
procedure by using the limberg flaps. This produces a good looking ear lobe in our 6 months follow up

period.
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INTRODUCTION

Hidradenoma is a benign skin
appendage tumour, which is usually present
as a solitary skin coloured lesion. The
patients with clear cell hidradenoma and
clear cell hidradenocarcinoma are present in
their fourth decade or older. Apocrine
lesions of the skin are rare and are found
mainly in body folds including the axillary,
groin and anogenital regions, where
apocrine glands are most concentrated, as
well as in the umbilicus, eyelid (Moll's
glands), areola and in external auditory
meatus. Hidradenoma papilliferum rare
variety has been reported in males, ™ and in
extra-anogenital locations, particularly in the
head and neck. ! The tumours are solitary,

and are usually small and asymptomatic.
Occasionally, the tumours can be large and
elevated, forming a reddish-brown mass
with an ulcerated and bleeding surface.
BIThe tumour grows slowly and can be
present for several years without apparent
change. Wide local excision is the treatment
option for hidradenoma, but it has a
recurrence rate of approximately 12% if not
fully excised, and 50% recurrence rate
despite of aggressive surgery in case of clear
cell hidradenocarcinoma (CCHC).
Hidradenoma have variable
histomorphological patterns.

(a) hidradenoma-solid cystic variant,

(b) hidradenoma-solid variant,
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(c) hidradenoma-tubular/ ductal
differentiation and clear cell change [clear
cell hidradenoma], (d) hidradenocarcinoma
— cellular type. In this case we report on the
clinical, histological findings of a skin
tumour, management of this tumour and
reconstructive method for ear lobule defect
by using limberg flap (transposition flap).

CASE REPORT

Here we report a case of 44 years old
male, farmer by occupation, presented to
E.N.-T. OP, with chief complaints of
swelling in the left ear lobule since 6 months
[Fig 1], and progressing continuously, not
relieved by medication given by the general
practitioner. Swelling is not associated with
pain. On examination of the ear the painless
swelling is limited to the left ear lobule 2x2
cm in size, at the center of the swelling 0.5
cm size ulcer noticed with irregular margin
& profuse bleeds on touch. The pinna,
external auditory canal and tympanic
membrane are normal. Wedge biopsy taken
and histopathological examination reported
as clear cell hidradenoma.
Operation: we planed wide local excision
of the tumour and the resected part of the
pinna and ear lobule was reconstructed with
local pedicled flaps in one stage procedure.
Under local anaesthesia wide local excision
of the tumour and part of the cartilage with
skin also removed [Fig 2,3] and sent for
histopathological ~ examination. The
defected earlobule was reconstructed with
posterior auricular and anterior neck skin
from under ear lobule tissue, suture removal
done on 6" post operative day [Fig 4]. The
size & shape of the pinna are appeared near
to the opposite ear post operatively. We
discharge the patient on 12" post — op day
and regular checkup done weekly once for 1
month [Fig 5], and monthly once for 6
months.
Gross appearance: recieved skin covered
grey brown soft tissue mass measuring

4x3x1 cm, external surface of the mass
shows an ulcer measuring 0.5x 0.5cm. cut
section of the mass shows a great white
lesion with a cyst, filled with serous fluid is
present within the lesion.

Fig. 1: Pre - op clinical photoraph

Fig. 2: Per -'op photograph showing defective area after excision
of the tumor

Microscopic features:  haematoxylin &
eosin  stained section studies shown
structures of skin with epidermis and
dermis. Epidermis is unremarkable, dermis
shows an intradermal lobule, tumour
composed of two layers of cells -
predominantly cells are round to oval with
clear cytoplasm, round bland nucleus and
some cells with pale eosinophilic granular
cytoplasm [Fig 6,7]. There is no atypical
mitotic activity. Septae with thin blood
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vessels are seen along with occasional duct
like spaces with eosinophilic secretion [Fig.
8]. Features are suggestive of benign
adenexal tumour — clear cell hidradenoma.

Fig. 3: Excised part of the tumour with skin & cartilage

Fig. 5 : post — op photo after 3 weeks

Fig. 6: Low power (10x) view of H & E stain showing epidermis
with underlying well circumscribed lobulateddermal nodule
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Fig. 7: low power (10x) view of H & E stain showingEpidermis
with underlying dermal tumour along withDilated congested blood
vessels.

Fig. 8: High power (40x) view of H & E stain showing lobules of
tumour with cystic space filled with eosinophilic secretion.
Tumour cells are round to Polygonal with clear cytoplasm and
uniform nuclei, stoma is eosinophilic & hyalinized.

DISCUSSION
Definition Hidradenoma is a form of
benign adnexal neoplasm that is a close
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relative of poroma, but is usually
characterized by cells with ample cytoplasm.
Some authorities use the broad designation
acrospiroma to refer to both hidradenoma
and poroma jointly. Although commonly
classified as an “eccrine” neoplasm by
authorities of the past, hidradenomas are
currently thought to be of either apocrine or
eccrine lineage. ™ Hidradenoma s
probably of apocrine lineage, most of the
time. [©

Hidradenoma is a benign tumour,
which usually presents as a solitary,
skin-coloured lesion and occurs more
commonly in females. ["! Apocrine lesions
of the skin are rare and are found mainly in
body folds including the axillary, groin and
anogenital regions, where apocrine glands
are most concentrated, as well as in the
umbilicus, eyelid (Moll's glands), areola and
in external auditory meatus. Hidradenoma
may have variable histomorphological
patterns, reflected by the various terms used
to describe this entity: nodular hidradenoma,
eccrine acrospiroma, solid-cystic
hidradenoma, clear cell hidradenoma, and
clear cell acrospiroma. It shows variably
sized nests and nodules of neoplastic
epithelial cells, with small ductular lumens,
confined within the upper dermis. The
tumour cells are small, monomorphous and
polyhedral, resembling those of poroma
cells. In fact, some tumours have epidermal
attachment, and occasionally may also have
features overlapping with those of typical
poromas. [ Clear cell change and/or
squamous metaplasia may be prominent.
However, squamoid change does not seem
to denote a worse prognosis. Occasionally,
focal apocrine components may also be
present. The lesion is also characterised by
its pushy, but well-circumscribed, peripheral
border. Nodular hidradenoma should be
fully excised, as malignant transformation
may be present in other areas of the lesion.

Furthermore, hidradenoma has a recurrence
rate of aﬁ)roximately 12% if not fully
excised, ™ especially in lesions with
irregular peripheral margins. !
Clinical findings: Hidradenoma lacks any
distinctive clinical attributes and is only
diagnosable by biopsy. The lesion presents
as a solitary nodule; sometimes a cystic
quality or a small amount of serous drainage
can be detected.
Histopathological findings: Hidradenomas
are mostly dermal neoplasms with a nodular,
sharply circumscribed pattern when viewed
at low magnification. Some hidradenomas
may display a juxtaepidermal pattern
superficially with multifocal attachment to
the epidermis, much like poroma. Although
the stroma of hidradenoma is commonly
sclerotic and may contain ectatic vessels,
usually the granulation tissue-like quality
that typifies the stroma of a poroma is not
present. The cells of hidradenoma are large
with ample cytoplasm but uniform nuclei,
which are generally somewhat larger than
the nuclei of poroma. Overt clear cell
change (“clear cell” hidradenoma) is
common, as is cystic degeneration (“solid-
cystic”  hidradenoma). M Ductal
differentiation can be found with scrutiny,
although the degree of ductal differentiation
is typically less conspicuous than poroma.
Some lesions contain tubules lined by
columnar cells with a “decapitation” pattern
along their luminal border; such lesions can
be designated as apocrine hidradenoma
without question. Not surprisingly, hybrid
lesions with features of both hidradenoma
and poroma can be encountered, and thus a
judgement regarding the “closest fit” must
sometimes be made; the hybrid term poroid
hidradenoma has also been applied to such
lesions. 2

The tumour cells stain positively for
LMWK, and the ductal structures/luminal
surfaces are highlighted by EMA and CEA.
Although these rare tumours do not always
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behave aggressively, they may have an
aggressive course with metastasis and/or
local recurrence. The primary treatment is
wide local excision with or without lymph
node dissection. 34!

Although most cases of
hidradenocarcinoma arise de novo, the
tumour may also arise in pre-existing
hidradenoma. ! Hidradenocarcinoma is also
often referred to as malignant nodular/clear
cell hidradenoma, malignant clear cell
acrospiroma, clear cell eccrine carcinoma or
primary mucoepidermoid cutaneous
carcinoma.

Interestingly, clear cell hidradenoma
and hidradenocarcinoma may occasionally
mimic metastatic clear cell carcinomas
including thyroid, lung or renal cell
carcinomas. However, the first two are
usually distinguished by their positivity to
thyroid transcription factor-1 (TTF-1), and
the latter by its prominent vascularity, and
the presence of haemorrhage and focal
granular necrosis within the lesion. [**! Renal
cell carcinoma also expresses both EMA and
CD10.

The topographic shape of the auricle
the convexities and concavities of the
cartilage and auricle’s blood supply, present
a surgical challenge in reconstruction. After
primary surgical excision the goal is to
recreate an ear that is symmetric to the
opposite ear and as normal as possible. The
ear must be reconstructed in three
dimensions. The location, size and
vascularity of the defect dictate the
reconstruction plan. ™ After GAVELLOS
method description in 1970’s, up to now
several techniques has been described to
restore natural appearance of the ear lobule,
but often requires a two stage procedure. 7}
Pre and post auricular flaps, ™ super
imposition of two opposed or paired flaps,
97 various techniques came into limelight
for reconstruction. SLEILATI proposed total
ear lobe reconstruction with double crossed

skin flaps. ) One from pre auricular area
and the other from the retro auricular/ or
neck skin. In our case we used a doubled
over limberg flap (transposition flap). %
One flap from post auricular skin and
another skin flap harvested from under ear
lobule tissue. By wusing limberg flaps
procedure good looking ear lobule
reconstructed, there is no necrosis at the tip
of folded flaps and no ear lobe shrinkage in
our follow-up period.

CONCLUSION

Clear cell hidradenoma of the ear
lobule are rare and mostly asymptomatic.
These skin tumours are only diagnosable by
biopsy, after wide surgical excision
reconstruction of ear lobe had done in one
stage procedure by using the limberg flaps.
This procedure gives cosmetically better ear.
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