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An Unusual Lacrimal Gland Mass
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A b s t r Ac t
Aim and objective: The present report describes an atypical presentation of a lacrimal gland mass in a young male patient. Symptomatology
favored a benign mass that was proven to be malignant on histopathology.
Background: Adenoid cystic carcinoma is the most common epithelial malignancy of the lacrimal gland. The usual presentation of adenoid cystic
carcinoma is in either sex at about an average 40 years of age with range from 6 to 79 years. The patient usually complains of a superotemporal
orbital mass with rapid progression usually within a year. Uncommonly, these masses may present with longer history as is described in present
case report.
Case description: A 17-year-old male patient of Indian origin presented with a mass in the superotemporal part of the right orbit for the last 5
years and 6 months. A firm and smooth orbital mass, approximately 20 mm × 15 mm, was present in superotemporal orbit that was nontender
and nonpulsatile. A clinical diagnosis of lacrimal gland pleomorphic adenoma was strongly suggested by the clinical as well as radiological
features. The orbital mass was excised en bloc by a right transseptal anterior orbitotomy. Histopathological examination of the excised mass
revealed features characteristic of lacrimal gland adenoid cystic carcinoma.
Conclusion: Lacrimal gland adenoid cystic carcinoma can simulate pleomorphic adenoma and can present with history over 5 years. Hence, it
should always be kept as a clinical possibility in patients with the painless superotemporal orbital mass and early excision of such orbital masses
for appropriate diagnosis and management is vital.
Clinical significance: The duration of 5½ years at presentation in well-localized lacrimal gland adenoid cystic carcinoma is the longest period
ever reported. The present article recommends keeping the differential diagnosis of adenoid cystic carcinoma in all patients with the clinically
benign superotemporal orbital mass.
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b Ac kg r o u n d
Lacrimal gland epithelial neoplasms are one of most intriguing
primary orbital masses. The present report describes an atypical
presentation of a lacrimal gland mass in a young male patient.
Symptomatology favored a benign mass that was proven to be
malignant on histopathology. The patient presented with 5.6
years’ duration of symptoms, which to the best of our knowledge
is the longest duration of presentation of well-localized painless
lacrimal gland adenoid cystic carcinoma. A literature review of
delayed presentations of lacrimal gland adenoid cystic carcinoma
is also presented.

cAse description
A 17-year-old male patient of Indian origin presented with a mass
in the superotemporal part of the right orbit for the last 5 years
and 6 months. The mass was gradually progressive and showed no
variation with posture or straining. The patient had no pain, redness,
visual complaints, or any other systemic features. Examination
revealed right-sided abaxial proptosis of 2 mm (Fig. 1A). A firm and
smooth orbital mass, approximately 20 mm × 15 mm, was present
in the superotemporal orbit that was nontender and nonpulsatile.
The visual acuity was 6/6 in both eyes. A clinical diagnosis of
lacrimal gland pleomorphic adenoma was strongly suggested. The
differential diagnosis included schwannoma, neurofibroma, and
solitary fibrous tumor of superotemporal orbit. All these orbital
masses are benign and can present as a slow-growing painless
mass in the superotemporal part of the anterior orbit. A computed
tomography (CT) scan of orbits revealed a localized homogeneous
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hyperdense right superotemporal orbital mass (Fig. 1B) with bony
fossa formation but showed no bone erosion. The orbital mass
was excised en bloc by a right transseptal anterior orbitotomy.
The mass was pinkish red, firm in consistency, and measured 34
× 30 × 22 mm in largest dimensions (Fig. 1C). The intraoperative
and postoperative periods were unremarkable. Histopathological
examination of the excised mass revealed multiple lobules formed
by malignant cells with pool of mucin forming the Swiss cheese
pattern (Fig. 1D) characteristic of adenoid cystic carcinoma. The
patient was planned for cytoreductive chemotherapy.

discussion
Lacrimal gland epithelial neoplasms are perhaps the most
intriguing primary orbital masses. Adenoid cystic carcinoma is
the most common epithelial malignancy of the lacrimal gland.1 It
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Figs 1A to D: (A) Clinical photograph of the patient who presented with a painless right superotemporal orbital mass; (B) Computed tomography
revealed a homogeneous superotemporal orbital mass with no signs of bone erosion; (C) Photograph of the excised mass. The mass was pinkish
red, firm in consistency, and measured 34 × 30 × 22 mm in largest dimensions; (D) Photograph of the histopathology review of the excised mass
showing cribriform pattern of adenoid cystic carcinoma; stained with hematoxylin and eosin as viewed under 10× magnification

accounts for nearly 1.1% of all disorders involving the orbit2 and
63% of all primary epithelial malignant lacrimal gland masses.1 The
usual presentation of adenoid cystic carcinoma is in either sex at
about an average 40 years of age3 with range from 6 to 79 years.4
The patient complains of a superotemporal orbital mass with
rapid progression usually within a year.5 However, in few instances
the above is not adhered to. In the present patient, long history
of a painless anterosuperior orbital mass with no features of
malignancy favored a benign pathology. The differential diagnosis
included schwannoma, neurofibroma, and solitary fibrous tumor
involving the superotemporal part of the orbit. These were
considered as the patient presented with signs and symptoms of
a painless benign pathology. The radiological features revealed
localized well-circumscribed mass with bony fossa formation that
also favored a benign pathology. The final diagnosis, however, was
adenoid cystic carcinoma. Wright et al. reported their experience
with management of patients with adenoid cystic carcinoma. In
their series, only one patient had symptoms for more than a year
before presentation and all patients except for one had pain. 3
Perez et al. in their series reported the mean time of presentation
in adenoid cystic carcinoma to be 26.6 months.6 The patient with
most extensive period of symptomatology prior to presentation
in their series had periosteal involvement at presentation and
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was managed by wide orbital excision. 6 Levartovsky et al.
published a case study in 1993 about a female patient who had
otherwise asymptomatic lacrimal gland mass for 3 years prior to
presentation.7 The patient was kept under follow-up and the mass
became painful after 1 year of presentation. The mass was then
biopsied that revealed adenoid cystic carcinoma. The mass was
excised and the patient given further required therapy.7 Wharton
and O’Donnell reported a case of an incidentally discovered
lacrimal gland mass that underwent excision and was confirmed
to be adenoid cystic carcinoma. 8 The authors concluded that
adenoid cystic carcinoma may be discovered incidentally in
occasional patient. 8
This report represents the first case of localized painless
adenoid cystic carcinoma of the lacrimal gland that presented after
5½ years of onset, which is the longest duration of presentation
of well-localized painless adenoid cystic carcinoma to the best of
our knowledge. With current practice, pleomorphic adenoma is
usually diagnosed preoperatively based on clinical and radiological
characteristics. Could it be in situ adenocarcinoma of the lacrimal
gland that developed in a long-standing pleomorphic adenoma
in the present case remains unanswered. The unusual history and
findings in our patient highlight the clinical possibility of the rarer
carcinomas with apparently benign course.
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Lacrimal gland adenoid cystic carcinoma can simulate pleomorphic
adenoma and can present with history over 5 years. Hence, it should
always be kept as a clinical possibility in patients with painless
superotemporal orbital mass and early excision of such orbital
masses for appropriate diagnosis and management is vital.

C l i n i c a l  S i g n i f i c a n c e
Lacrimal gland masses are among most intriguing primary orbital
neoplasms. The present article describes a young male patient who
presented with signs and symptoms of long-standing lacrimal gland
pleomorphic adenoma that histopathology proved to be adenoid
cystic carcinoma. The duration of 5½ years at presentation in welllocalized lacrimal gland adenoid cystic carcinoma is the longest
period ever reported. The present article recommends keeping
the differential diagnosis of adenoid cystic carcinoma in all patients
presenting with the clinically benign superotemporal orbital mass.
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