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Abstract
Hidradenoma papilliferum (HAP) is known since the nineteen century. The vast majority of cases occur on genital
and perianal regions of women. Tumors found in other areas of the body are considered to be “ectopic”.
The lacrimal caruncle is a vestigial skin structure with a diverse histology including hair. To our knowledge, the
presence of HAP on the caruncle was referred only once in a series of cases published in a gynecological journal.
We report for the first time in the ophthalmic literature a case of a caruncular hidradenoma papilliferum (HAP) as an
unusual benign tumor of apocrinic differentiation.
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Introduction
The human skin has 3 to 4 million sweat glands distributed over
most of the body surface. Most of these glands are eccrinic which
control body temperature by releasing their hypotonic secretion
directly on the skin surface without any cell loss [1]. However, apocrine
sweat glands, are larger than eccrine glands and secrete, by focal apical
decapitation, a proteinaceous viscous sweat into a hair canal. They are
concentrated on the axilla, the areola of nipple and genital and perianal
areas [1]. The lacrimal caruncle is a vestigial skin structure with a
diverse histology including hair [2]. We report for the first time in the
ophthalmic literature a case of Caruncular Hidradenoma Papilliferum
(HAP), an unusual benign tumor of apocrinic differentiation.

Case Report
A 69 year-old female was referred to the oculoplastic service for
an atypical enlargement of the right caruncle. The patient denied any
trauma or pain and stated that she first noticed the abnormal size of
the caruncle 2 months prior to presentation. On examination there was
a round 8.0 × 4.0 mm, reddish and firm mass on the right caruncle
(Figure 1). The remaining ophthalmic evaluation was unremarkable.
Complete surgical excision was performed under local anesthesia
without complications and the specimen was sent for histopathological
analysis.

Microscopic examination revealed a soft tissue lesion without
connection to the overlying epithelium. The nodule showed tubules and
elongated fronds with an arborizing pattern lined by double-layered
epithelium. The inner layer was composed of cuboidal cells and the
outer layer was tall and consisted of columnar apocrine cells. Periodic
acid–Schiff (PAS) -positive diastase-resistant granules were present in
the apices of these cells. The mass showed pseudo capsule and cystic
areas with colloidal iron positive material. In focal areas infiltration
by lymphocytes and plasma cells was observed. The epithelial lesion
was positive with cytokeratin CK7 and Epithelial Membrane Antigen
(EMA) stains. The inner myoepithelial layer was positive with smooth
muscle actin (SMA) and p63 confirming apocrine origin; however the
cytoplasmic gross-cystic disease fluid protein-15 stain (GCDP-15) was
negative. The mitotic index using Ki 67 was low (Figures 2a-2f).

Discussion
According to Meeker et al. [3], who reviewed the literature on HAP
in 1962, this peculiar adenoma is known since the nineteen century. The
vast majority of cases occur on genital and perianal regions of women.
Tumors found in other areas of the body are considered to be “ectopic”
[4]. The head and neck region is the most common site of non-genital
HAP [4] As the gland of Molls are modified apocrinic glands, it is not
surprising that some cases of HAP related to the eye were reported on
the eyelids [5-7] or eyebrow [8,9]. As the orbit has no sweat glands we
believe that the only one true ectopic HAP was the orbital lesion recently
reported [10]. Although the presence of sweat gland cysts have been
found on the caruncle [11,12], HAP did not appear among the 1136
caruncular lesions described in the major series on pathology of the
caruncle published in the English literature [11-16]. To our knowledge,
the presence of HAP on the caruncle was referred only once on a series
of cases published in a gynecological journal [17]. HAP is a benign
tumor and does not recur if completely excised. Clinically it presents
as an inconspicuous solitary nodule of varying size. The diagnosis is
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Figure 1: The clinical appearance of the right eye caruncular mass (red arrow).
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Figure 2: (A)The histopathologic appearance of the well demarcated lesion
(Original magnification 25x, hematoxylin and eosin), (B) Higher power picture
showing the columnar cells with diastase-resistant secretory granules (Original
magnification 400x, periodic acid Schiff), (C) Cystic areas with colloidal iron
positive material (Original magnification 400x), (D) The epithelial lesion
stained positive with Cytokeratin stain (Original magnification 100x, CK7),
(E) The myoepithelial basal layer stained with smooth muscle actin (Original
magnification 200x, SMA), (F) Nuclear staining of the myoepithelial basal cells
with p63 (Original magnification 400x).

entirely dependent on the microscopic features of the tumor since it
is a variant of apocrine adenoma with peculiar morphology. Usually
the tumor is partly cystic with papillary and glandular components as
described in our typical case. Immunohistochemical staining is helpful
in confirming the diagnosis specially in highlighting the myoepithelial
cell layer using SMA, p63 and GCDP-15 stains. The presence of this
myoepithelial cell layer and the secretory granules are important
distinguishing features between apocrine and eccrine lesions [6]. The
mitotic index in HAP is variable; however it does not necessarily reflect
the aggressive behavior, which is seen in hidradenocarcinoma.
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Although the rate of malignant transformation of HAP is considered
to be low [6], wide local excision is the treatment modality of choice,
especially for lesions located intimately on the medial canthus, a
notoriously difficult region to perform surgery.
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