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Abstract

Introduction: Clinical approach to the case of dacryoadenitis.

Case Report: A 41-year-old male patient was admitted to our clinic with complaints of decreased vision in the left eye,
periorbital and headache for 2 days. On examination, his visual acuity was full on the right and counting fingers at 2 meters on
the left. There was a slight swelling and dimness in the margins of the optic disc on the left, other eye examination findings were
normal. The patient was treated with intravenous methylprednisolone at a dose of 1gr/day for three days with the prediagnosis
of orbital pseudotumor. However, it was observed that the patient's complaints recurred after methylprednisolone was
discontinued. In repeated orbital MRI, at the level of the orbital apex on the left, infiltrating the dural structures, indenting the
cavernous sinus, affecting the soft tissue structures adjacent to the nasopharyngeal lumen on the left, are seen. The left optic
nerve was found to be slightly thicker than normal, especially at the apex level. For histopathological diagnosis, endoscopic
biopsy was performed from the tumor and surrounding tissue from the left maxillary sinus. The biopsy result was reported
as adenoid cystic carcinoma.

Discussion: The diagnosis of orbital pseudotumor is made in accordance with clinical, radiological and pathological data.
Orbital pseudotumor is histopathologically characterized by polymorphous inflammatory cell infiltration accompanied by
varying degrees of fibrosis. It is difficult to distinguish an orbital pseudotumor from a true neoplasm. Lymphomas constitute
20% of orbital mass lesions. Our case was initially treated with a preliminary diagnosis of orbital pseudotumor localized in the
posterior orbit and responded to steroids. However, lack of complete recovery and recurrence after steroid discontinuation
brought to mind other underlying pathologies and directed to further examination and biopsy. As a matter of fact, the patient,
who was diagnosed with adenoid cystic carcinoma as a result of biopsy, was included in the oncological follow-up and
treatment program. It is necessary to be vigilant in terms of malignancy in orbital pseudotumors and not to avoid biopsies in
suspected cases.
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Abbreviation: MRI: Magnetic Resonance Examination;
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Introduction

Orbital pseudotumor is a benign idiopathic inflammatory
event that can involve any structure in the orbit. It is more
common in the population under the age of 50, especially in
women. Although it can show bilateral involvement, unilateral
involvement is more common. Orbital pseudotumor may
be in the form of diffuse inflammatory disease involving
all orbital compartments, it may be in the form of myositis,
dacroadenitis, perineuritis and periscleritis [1,2]. In the
differential diagnosis of the disease, especially Graves’
ophthalmopathy and orbital lymphoma, and then primary or
metastatic tumors, sarcoidosis, Wegener’s granulomatosis,
orbital and preseptal cellulitis, vascular pathologies, orbital
amyloidosis, foreign body reaction and dermoid cyst should
be considered [3,4]. In this study, the clinical approach to
a patient who was treated with the prediagnosis of orbital
pseudotumor but recurring complaints and later diagnosed
with adenoid cystic carcinoma was examined.

Case Report

A41-year-old male patientwas admitted to our clinicwith
complaints of decreased vision in the left eye, periorbital and
headache for 2 days. He was being followed up with tegretol
800 mg treatment in an external center for about 1 year due
to trigeminal neuralgia. On examination, his visual acuity
was full on the right and counting fingers at 2 meters on the
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left. Intraocular pressure was 12 mmHg in the right eye and
14 mmHg in the left eye. Eye movements were free in both
eyes. There was a slight swelling and dimness in the margins
of the optic disc on the left, other eye examination findings
were normal. In the orbital magnetic resonance examination
(MRI) of the patient, a heterogeneous contrasting lesion area
with unclear borders localized in the orbital apex on the left
was observed. The patient was treated with intravenous
methylprednisolone at a dose of 1gr/day for three days
with the prediagnosis of orbital pseudotumor. After this
treatment, the left visual acuity reached 0.2 and the patient’s
pain decreased. Oral methylprednisolone, which was started
at a dose of 1 mg/kg/day and gradually decreased from the
fourth day, was completely discontinued within 1.5 months.
However, it was observed that the patient’s complaints
recurred after methylprednisolone was discontinued.

In repeated orbital MRI, at the level of the orbital apex
on the left, involving the retroorbital fat tissue and optic
nerve sheath, affecting the entire apex, infiltrating the dural
structures, indenting the cavernous sinus, extending to the
maxillary sinus in the anteroinferior and affecting the soft
tissue structures adjacent to the nasopharyngeal lumen
on the left, heterogeneously enhanced lesion area with
unclear borders, and thickness in the extraocular muscles,
prominently in the superior rectus muscle on the left are
seen (Figure 1).

Figure 1: MRI images.

The left optic nerve was found to be slightly thicker
than normal, especially at the apex level. In brain computed
tomography (CT) angiography, an increase in soft tissue
density with irregular borders in the left pterygopalatine
fossa, extending to the temporal fossa superiorly and not
giving a clear contour feature; irregularities in the left
medial pterygoid plate, left maxillary sinus inferomedial wall
and left sphenoid bone were observed in its neighborhood.
In the positron emission tomographic (PET) examination,
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an irregularly circumscribed hypermetabolic lesion was
observed in the left pterygopalatine fossa with an expanded
appearance to the nasal cavity, causing destruction in the left
pterygoid bone medial lamina, maxillary sinus inferomedial
wall and maxillary bone (Figure 2). For histopathological
diagnosis, endoscopic biopsy was performed from the tumor
and surrounding tissue from the left maxillary sinus. The
biopsy result was reported as adenoid cystic carcinoma. The
patient is started to the chemotherapy program.
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Figure 2: PET images.

Discussion

The diagnosis of orbital pseudotumor is made in
accordance with clinical, radiological and pathological data.
The presence of an underlying malignancy should be excluded
in cases that recur and do not receive adequate treatment.
Biopsy in orbital pseudotumor cases is controversial.
Orbital pseudotumor is histopathologically characterized by
polymorphous inflammatory cell infiltration accompanied
by varying degrees of fibrosis. Leone, et al. [5] suggested
that biopsy in cases with orbital pseudotumor delays the
response to treatment and aggravates the clinical situation,
and recommended biopsy only to cases that did not respond
to steroids or had recurrence or suspected diagnosis.
Similarly, there are other studies reporting that biopsy causes
worsening in the clinical picture [6,7]. Contrary to this view,
there are also studies indicating that a systemic disease or
lymphoid tumors can be ignored if the diagnosis is made
without histopathological examination [8]. It is difficult to
distinguish an orbital pseudotumor from a true neoplasm
[9]. Lymphomas constitute 20% of orbital mass lesions.
Clinically, lymphomatous lesions are usually in the form of
palpable masses, while orbital pseudotumor cases are often
in the form of eyelid edema, optic atrophy, and conjunctival
congestion [10].

Our case was initially treated with a preliminary
diagnosis of orbital pseudotumor localized in the posterior
orbit and responded to steroids. However, lack of complete
recovery and recurrence after steroid discontinuation
brought to mind other underlying pathologies and directed
to further examination and biopsy. As a matter of fact, the
patient, who was diagnosed with adenoid cystic carcinoma
as a result of biopsy, was included in the oncological follow-
up and treatment program. It is necessary to be vigilant in
terms of malignancy in orbital pseudotumors and not to
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avoid biopsies in suspected cases. Endoscopic biopsy may be
necessary, especially in posteriorly localized cases.
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