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Case Report
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Abstract

Ectopic lacrimal glands, also known as lacrimal gland choristomas, are seen in various areas of the eyes and are character-
ized by their placement outside of their typical anatomical position. While tarsal lacrimal gland choristomas are uncom-
mon, the bulbar conjunctiva and limbal area have been identified as the most frequent sites.

Herein, we report a 32-year-old female with a mass on the left lower eyelid conjunctiva that is histopathologically proved

to be a lacrimal gland choristoma.
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Introduction

The secretory lacrimal apparatus consists of the main lacrimal
gland located in the orbital lacrimal fossa, the palpebral lobe of
the lacrimal gland located temporal to the superior fornix and
two accessory glands (Krause and Wolfring glands) (1).

Ectopic lacrimal gland (lacrimal gland choristoma / cho-
ristomatous lacrimal gland) is defined as the localization of
lacrimal gland out of its normal anatomical position and is
referred to as simple or complex choristoma. While simple
choristoma is considered an isolated mass, complex chori-
stoma is found in combination with other tissue types (1,2).

In this case report, a patient presenting with a mass on
the left lower eyelid conjunctiva histopathologically proved
to be a simple choristoma is presented.

Case Report

A 32-year-old otherwise healthy woman admitted to out-pa-
tient clinic after noticing a mass formation on the left lower

eyelid | month earlier. Upon ophthalmologic examination a
mass demonstrating both vascularized and cystic structures
located in the left lower palpebral conjunctiva, adjacent to
medial canthus was detected (Fig. la, b). Visual acuity was
1.0 bilaterally (according to Snellen chart) and anterior seg-
ment examination and dilated fundus examination were oth-
erwise normal. Preoperative imaging was not performed be-
cause the lesion was a small (3 x 2 mm), well-circumscribed
superficial mass confined to the palpebral conjunctiva. Given
its extremely small size, it would also have been highly chal-
lenging to detect or adequately characterize even with high
resolution computed tomography. In such cases, imaging is
generally not required, and excisional biopsy is considered
both diagnostic and therapeutic.

Total excision of the mass under local anesthesia was
performed. Specifically, a complete excisional biopsy of the
mass on the lower palpebral conjunctiva was carried out
with clear margins. The lesion was carefully dissected from
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Figure 1. (a, b) An amelanotic mass containing glandular like cyts and vascular structures in the in-

ferior tarsal conjunctiva, (c) Post-operative 3rd week appearance of the patient, (d) A lacrimal gland

structure under the conjunctival epithelium. (H&E x40), (e) A lacrimal gland structure under the con-
junctival epithelium. (H&E x100), (f) Lacrimal gland ducts and acini (H&E x200).

the surrounding conjunctival tissue, leaving no residual tis-
sue behind. The surgical site was left to heal by secondary
intention without the application of any grafts. Histopatho-
logic examination of the excision material revealed lacrimal
gland acinar and ductal structures in a focus in the tunica
propria under the conjunctival epithelium upon Hematoxylin
and Eosin (H&E) staining (Fig. /¢, d, e). Because the morpho-
logical features were entirely benign and no abnormal or ma-
lignant structures were observed, additional special staining
was not deemed necessary. The result was compatible with
ectopic lacrimal gland.

After excision, preservative-free artificial tears (Hyonat,
VEM, Turkiye) 6xl, loteprednol etobonate (Dolte, Abdi
Ibrahim, Turkiye) and eye drops containing tobramycin (To-
brased, Bilim, Turkiye) 4x| were initiated. Postoperative fol-
low-up at the first month was uneventful, with the wound
healing completely without complications (Fig. If).

Discussion

The lacrimal gland begins to form with proliferation of epi-
thelial cells in the fornix of the upper external conjunctiva in
the 6th-8th weeks of gestation (3). Embryonic development
of the gland is based on branching morphogenesis in the
form of lobules consisting of acini, intralobular, interlobular,
and excretory ducts because it has a tubulo-acinar branching
structure similar to a grape cluster. The development of the
gland depends on the chemical signaling interaction between
the surface ectoderm and the surrounding mesenchyme.
Localized abnormal expression of this signaling interaction
causes deviations in morphogenesis and ends up with lacri-
mal gland choristomas (4). During embryogenesis, ectopic
lacrimal gland tissue occurs as a result of abnormal accu-

mulation of supratemporal embryonic conjunctival epithelial
cells that will differentiate into lacrimal gland tissue (1), in-
vagination into the anterior orbital soft tissue and migration
into deep tissues (5).

Ectopic lacrimal glands are present at birth or in early
infancy in most individuals (1,5-8) and a minor male prepon-
derance is seen according to the literature. Although there
is no definitive epidemiological data specifically on the prev-
alence in adult age, a systematic review published in 2020
examined |80 cases of ectopic lacrimal gland tissue reported
between 1946 and 2018. In this study, the mean age at diag-
nosis was reported as 2| years (I).

Although ectopic lacrimal gland can be found in many
parts of the eye, the most common sites have been defined
as bulbar conjunctiva and limbal region (2,6). Tarsal lacrimal
gland choristomas are not often encountered (6). Orbital
involvement, especially intraocular lacrimal gland formation
is rarely observed (2). In the differential diagnosis of ectopic
lacrimal glands other amelanotic conjunctival masses, includ-
ing dermoid, dermolipoma, hemangioma, amelanotic malig-
nant melanoma, conjunctival intraepithelial neoplasia and
squamous cell carcinoma are included (7).

Dermoids are seen as well-circumscribed oval, yel-
low-white masses arising from the bulbar conjunctiva, of-
ten involving the bulbar conjunctiva or corneoscleral limbus
(7,8). Dermolipomas are usually pale yellow, soft, fluctuant
and fusiform masses lying under the palpebral lobe of the
lacrimal gland (8). Hemangiomas are frequently observed
as intertwined, slightly dilated blood vessels on the bulbar
conjunctiva (7). Amelanotic malignant melanomas are seen
as flesh-colored, elongated mass on the limbal, bulbar, pal-
pebral conjunctiva or fornix, whereas conjunctival intraep-
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ithelial neoplasia is seen as a sessile or minimally elevated
lesion on the limbus and less frequently on the fornix or
tarsal conjunctiva. Conjunctival squamous cell carcinoma is
clinically similar to conjunctival intraepithelial neoplasia but
may be larger and more elongated than intraepithelial neo-
plasia (7,8).

Although the diagnosis and treatment of orbital and intra-
ocular choristomas, which are more rare, are quite difficult,
they can severely affect visual function and have complica-
tions that may lead to enucleation of the eye (4). Therefore,
recognition and early intervention of intraocular choristomal
masses is also very important. Although computed tomogra-
phy and magnetic resonance imaging findings are useful in the
differential diagnosis of ectopic lacrimal tissue from other
intraocular tumors, the rarity of ectopic lacrimal tissue in
these regions is responsible for the frequent misdiagnosis
of neoplasm (9). Retinoblastoma, ocular lymphoma, me-
dulloepithelioma, uveal amelanotic nevus, choroidal heman-
gioma, choroidal osteoma and uveal leiomyoma should be
kept in mind in the differential diagnosis of intraocular mass-
es (9,10). To make a differential diagnosis, histopathologic
confirmation is required (10).

Proptosis, glaucoma, or a mass on the bulbar conjunctiva
are possible presenting complaints, depending on where the
ectopic lacrimal gland is located (I1). The most common
presentation symptom of patients with lacrimal gland chori-
stoma is proptosis (I,10), whereas ectopic glands located in
the eyelids are most commonly presented with mass forma-
tion (I). In addition to epiphora secondary to fistula opening
(I,11), ectopic lacrimal glands located in the lacrimal sac and
nasal mucosa may also present with epiphora. Inflammation
of the ectopic lacrimal gland may cause stasis of secretions,
leading to growth of the ectopic tissue mass, and may also
be responsible for patients developing symptoms in time ().
Due to a significant inflammatory response, an ectopic lacri-
mal gland can even result in bone damage (10).

On rare occasions, pleomorphic adenoma or adenocar-
cinoma may emerge from these abnormal glands (11). They
must be taken into consideration as a differential diagnosis in
cases with an abnormal clinical course since they can mimic
dacryocystitis or lacrimal duct stenosis (12). The clinical and
histologic characteristics emphasize the value of a multifac-
eted strategy to treating these individuals, which includes
comparing the mass’s anatomical and histologic character-
istics with the clinical symptoms to determine the accurate
diagnosis (I3).

The management of conjunctival tumors differs depend-
ing on the presumed diagnosis and the size and extent of
the lesion (8). While local excision is preferred as the main
treatment modality in ectopic lacrimal glands, the clinical
management of these choristomas and their effects on visual

acuity are defined depending on the location of the choristo-
ma (1,4). Epibulbar conjunctival lesions and choristomas in
the eyelids can be easily excised without serious impairment
in visual function and usually appear as solitary masses that
can be easily managed (4). However, the presence of compli-
cations such as the risk of tumor dissemination, glaucoma,
amblyopia and poor prognosis in visual acuity in intraocular
lacrimal choristomas might require harder treatments and
surgeries even enucleation (14). In addition, ectopic lacrimal
glands can undergo neoplastic transformation like normal
lacrimal glands and there is a risk of recurrence after incom-
plete excision ().

Conclusion

As a result, although the most common age of detection of
lacrimal gland choristomas is in infancy (9), it should be kept
in mind especially in the differential diagnosis of amelanotic
conjunctival masses even in adults.
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