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ABSTRACT

Pleomorphic adenoma (PA) is a benign glandular tumor, originating most commonly from the parotid
gland. Other rare locations for PA are the breast, lung, lacrimal glands, etc. PA originating from other exo-
crine glands such as the glands of Moll in the palpebra are extremely rare. Herein we report a case report of
a 66-year-old female patient with such PA, excised due to vision impediment, with a discussion on the histo-
logical aspects and diagnostic and management approaches of PA in this rare location.
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INTRODUCTION

Pleomorphic adenoma (PA), also referred to as a
mixed tumor (lat. tumor mixtus), is a benign neopla-
sia of myoepithelial and glandular epithelial origin.
PA is the most common salivary gland tumor, con-
stituting up to two-thirds of all salivary gland neo-
plasms (1). Other organ locations for PA such as lung,
lacrimal gland, and breast are extremely rare (2).

Development from the exocrine glands of the
skin is an extremely casuistic site of origin for PA (3).
One such casuistic site is the development of PA from
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the apocrine glands of Moll, located in the palpebral
margin. Whilst this is part of the group of orbital PA,
the majority of these entities are due to PA develop-
ing from the lacrimal gland, hence rendering palpe-
bral PA a rare entity in human pathology.

Herein we present a case of a 66-year-old fe-
male with a PA originating from the apocrine gland
of Moll.

CASE PRESENTATION

The patient presented to an outpatient ophthal-
mology clinic with a mass in the medio-inferior as-
pect of the palpebra of the right eye, measuring 9 mm
by 5 mm, that had slowly been growing over the past
several months. On palpation, the mass was firm and
well-demarcated from the surrounding edematous
palpebral tissues.

The patient reported no prior trauma to the
area and no pain from the lesion. No family history
of an ocular tumor could be reported by the patient.
Regional lymph nomes showed no palpable chang-
es. Previous medical history was relatively unevent-
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ful, with mild hypertension under adequate medica-
tion control.

Due to the mass severely impeding the vision of
the patient, a surgical procedure for the enucleation
of the tumor was elected.

Due to the site of the lesion, preoperative biop-
sies, both cytological in the form of fine-needle aspi-
ration biopsy (FNAB) and histological through cut
biopsy, were considered but were deemed too risky
due to the firmness of the mass. Therefore, surgery
was elected without prior histological verification.

Surgery was performed under local anesthe-
sia, with cold steel instruments, with a total surgi-
cal time of 30 minutes and minimal intraoperative
bleeding. Cosmetic sutures were applied to the surgi-
cal site, with good cosmetic results. The patient was
discharged within the same day and on follow-up re-
ported no complications, the surgical site edema had
disappeared within three days, with no hematoma,
seroma, or infection occurring locally. Sutures were
removed on the tenth day after the operation.

The specimen obtained from the surgical in-
tervention was sent for histopathological evaluation
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Fig. 1. Specimen sent for histopathology. A: macro slide view, hematoxylin and eosin staining; B: areas with ductal

and fixated for 24 hours in 10% buffered formalin
solution. The formalin-fixed tissues were embedded
in paraffin and cut into 6 micrometer thick slides,
stained with hematoxylin and eosin for pathomor-
phological evaluation.

Grossly on cross-section, the tumor revealed a
diffuse pale yellow color and a firm, homogenous cut
surface.

Histologically the specimen was well demarcat-
ed from the surrounding tissue by a fibrous pseudo-
capsule and it showed a relatively asymmetrical ar-
chitecture (Fig. 1A). At higher magnification, multi-
ple pleomorphic areas of admixed tubular structures
and stromal components with different components
were seen in the specimen.

The predominant areas were epithelial ductal
proliferations amidst a myxoid stroma with focal ar-
eas of hyalinization (Fig. 1B). Other scanter areas of
the specimen showed squamous cell metaplasia with
some abundant extracellular keratin deposits akin to
keratin cysts, focal depositions of calcium, and stro-
mal areas of chondroid metaplasia (Fig. 1B and 1C).
The surgical excision was noted to be complete, with-
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proliferation and squamous cell metaplasia, original magnification 100x, hematoxylin and eosin stain; C: areas with
chondroid metaplasia, original magnification 100x, hematoxylin and eosin stain.
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Table 1. Tumors of the eyelids, adapted from Sternberyg,

out any microsatellites noted. However, due to the

2016 (7) specifics of the site and the enucleation of the tumor
Epithelial: with minimal remaining healthy surrounding tissue,
Squamous cell papilloma the presence of microsatellites could not be excluded
Keratoacanthoma based on the tight resection margins of the specimen.
Seborrheic keratosis Two and a half years following the surgical in-
Invertedfol%zcular keratosis tervention the patient is still regular to follow-up and
II:I/Ielan(l)lcylrtlc: 4 no local recurrence has been noted. The surgical site
V:sfja:. arnevt has completely healed with perfect esthetic results
Capi ) . and no excessive scar tissue formation. The palpe-
apillary/cavernous haemangioma 1f on b full h ;
Lymphangioma bral function has been fully restored and the patient
Glomus tumor has not reported any functional deviations of the
Adnexal: palpebra.
Apocrine gland adenoma
Eccrine acrospiroma DISCUSSION
Oncocytoma The revised fourth edition of the World Health
Benign Pilomatrixoma Organization (WHO) Classification of Tumors of the
neoplasia Pleomorphic adenoma Head and Neck defines PA as a well-defined tumor
Syringoma characterized by its pleomorphic or mixed appear-
Trz'choepzt.helzoma ance (4). There is wide intermixing of the recogniz-
T”Ch‘_)f olliculoma able epithelial component with mucoid, myxoid, and
Trichilemmoma . .
chondroid components. Although the lesion presents
Developmental: . . . .
. several distinct histological features due to the dif-
Phakomatous choristoma - R
Cysts: ferent compositions of the extracellular matrix, it is
Dermoid cyst generally considered to be a benign neoplasm.
Epidermal inclusion cyst The exact etiology is obscure although the inci-
Sudoriferous cysts dence increases from 15-20 years after radiation ex-
Mesenchymal tumors posure. A few studies have suggested an association
f{lbm}ilsl histiocytoma of the tumor with simian virus 40 (SV 40).
?nt clasma Whilst PA in the orbital area is common, the
Miscellaneous: . f th ) din the lacrimal
Granular cell tumor majority '0 the tumors are ocz'ite 19 the lacrima
Epithelial carcinoma: gland, with the palpebral location being extremely
Basal cell rare (5,6).
Sebaceous cell These rare tumors most often originate from
Squamous cell the glands of Moll—apocrine glands located in the
Melanocytic: anteroinferior aspect of the palpebra (Table 1).
Melanoma Histologically PA of the palpebra adheres to
. Vascular: . . : .
Malignant Anei the histological features of PA in other locations as
neoplasia Lo Il as thei I clinical aspects of high
Adnexal carcinoma: well as their general clinical aspects of high recur-
Apocrine/eccrine sweat/ rence probability and potential for malignant trans-
mucinous gland carcinoma formation (8). The histological features include a
Miscellaneous: mixed proliferation of polygonal epithelial and spin-
Mycosis fungoides dle-shaped myoepithelial cells in a variable stroma
Merkel cell tumor matrix with mucoid, myxoid, cartilaginous, or hya-
Metastatic tumors line change. The epithelial elements form duct-like
structures, sheets, clumps, or interlacing strands.
The ducts and tubules are usually seen exhibiting an
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outer lining in addition to an inner cuboidal epitheli-
al cell layer. This considered outer myoepithelial cell
layer (or layers) merges into the surrounding stroma
which also contains dispersed or clumped myoepi-
thelial element cells. Areas of squamous metaplasia
and epithelial pearls can also be present, as in our
case. The tumor lacks a true capsule and is surround-
ed by a fibrous pseudocapsule of variable thickness
(9). In many cases, there are also extensions of the
tumor in the adjacent tissue in the form of microsat-
ellites, which are difficult to note grossly and, if the
excision is not complete, can give rise to local recur-
rence of the PA (9,10).

Both cytological (fine-needle aspiration), with
a diagnostic sensitivity of around 90%, and histolog-
ical (excision) biopsies, with a diagnostic sensitivity
of around 97%, are diagnostic for this entity, how-
ever, due to the site of origin, an excision approach
is preferred. An added pro for excision biopsy is bet-
ter quality immunostaining—immunohistochemis-
try is needed to distinguish from other entities or a
malignantly transformed PA (11).

CONCLUSION

PA of the palpebra is a rare entity. Grossly, the
differential diagnosis of the condition is wide, with
such conditions as anterior orbital or lid dermoid
cyst, lacrimal gland duct cyst (dacryops), benign and
malignant intrinsic lacrimal gland tumors, lymphoid
and inflammatory lesions, or even a large chalazion.
Nevertheless, the diagnosis is histopathological after
excision of the tumor.
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