Case report

Bilateral Mooren ulcer: a difficult care approach

ABSTRACT

Aims: To report the case of a patient with bilateral mooren’s ulcer following a
pterygium surgery and to highlight the difficulty of its management

Study design:Observational case report

Case :We present the case of a 45-year-old patient who presented with decreased
visual acuity, and in whom ophthalmological examination revealed bilateral
peripheral ulcerative keratitis. The search for a systemic disease was negative and
the diagnosis of bilateral moorens ulcer was established.

The patient was treated with topical and systemic corticosteroids in addition to local
cyclosporine and conjunctival resection. After four weeks of treatment, a corneal
perforation of the right eye occurred, and patient underwent an amniotic membrane
graft, in addition to immunosuppressive medical treatment.

Discussion and Conclusion:mooren’s ulcer is known to be more severe and more
likely to be bilateral in young patients. Several treatment strategies are available;
unfortunately, none of those approaches guarantees a successful resolution of the
ulcer and prevention from recurrences.
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1. INTRODUCTION

Mooren's ulcer is a rare and potentially blinding eye disease. It can be unilateral or
bilateral, characterized by the presence of a peripheral painful corneal ulcer, which
progresses circumferentially and centrally, destroying the corneal stroma, and
leaving only a thin fibrovascular membrane behind.

The etiopathogenesis of this type of peripheral ulcerative keratitis remains unclear
but prior ocular surgery, trauma, or corneal infection are found in one third of
patients'suggesting an organe specificautoimmune response.




We dispose of a wide range of therapies to control the inflammation, and to prevent
the progression and recurrences. However, there is not enough evidence

to determine which remedy is most effective.

As it is a rare disease, the literature contains little information. In the present article,
we provide a detailed description of this condition, and the difficulty of its
management.

2. PRESENTATION OF CASE

We describe the case of a 45-year-old patient with a previous history of ocular
redness and pain associated to decreased visual acuity in the follow up.of a
pterygium excision in the right eye, seven months prior to his visit.

The patient reported a bilateralization of the symptoms for the past month, which led
to a consultation in our department.

Ophthalmological examination revealed a distance visual acuity of hand motion
perception in the right eye and 5/10 in the left. Ocular pressure was within normal
range.

Examination of the anterior segment in the right eye.showed a diffuse corneal
thinning with a small persistent central island, neovascular appeal, and conjunctival
injection with no underlying scleral involvement. The Rest of the elements and the
Fundus examination was not accessible due to the corneal opacification. (Figure 1
a-b)

Biomicroscopy of the left eye revealed a crescent-shaped ulcer with sharp borders
in the nasal cornea near limbus, stomal infiltrates at the advancing margin with a
pseudopterygium nasally. The anterior.chamber was clear, and the lens was
transparent, fundus examination was unremarkable. (Figure 1 c-d)

The diagnosis of peripheral ulcerative keratitis PUK was made, and the patient was
put on topical and oral corticosteroids: dexamethasone ophthalmic drops every 2
hours, oral prednisolone 60 mg every day, ofloxacin drops and lubricant.

To rule out the possibility of a systemic disease, we referred him to the internal
medicine department. Physical examination was normal, Serological tests were
negative for Anti—double-stranded DNA, anti—neutrophil cytoplasmic antibodies
ANCA, anti-nuclear, rheumatoid factor, lupus anticoagulant, anti-Ro/SSA, syphilis.
Viral markers and titers including HIV, hepatitis B, and hepatitis C were negative.
Hemogram, liver and renal function tests, erythrocyte sedimentation rate, and the
levels of C-reactive protein, angiotensin-converting enzyme, tuberculosis interferon
gammatest quantiferon-TB GOLD* , were within normal range.

Thoracic CT scan was normal.

As all'the tests were negative and no etiology for the PUK was found, the diagnosis
of Mooren ulcer was established.

One week after the initiation of the treatment, the ulcer continued to progress. In the
right eye the remaining stroma melted, leaving only an epithelized descemet
membrane, while in the left eye the ulcer progressed circumferentially and centrally,
and visual acuity dropped to 2/10 due to the irregular astigmatism. (Figure 2 and 3
a-b-c)

The patient underwent a conjunctival resection and was put on i.v.
methylprednisolone 500 mg per day, for three days, followed by oral prednisolone,
in addition to local cilosporine 2% four times a day.



The ulcer seemed to have stabilized, however one month later a spontaneous
punctiform perforation occurred in the left eye.

An amniotic membrane graft was performed and cyclophosphamide treatment was
started. (Figure 3 d)

The patient was followed up closely, the conjunctival injection resolved, the corneal
ulcer stopped progressing, and no epithelial defect was noted. However, visual
acuity in the left eye continued to drop, and was below 0.5/10 due to the presence of
a dense cataract. (Figure 3e)

Corneal grafts were not available; therefore, only a cataract extraction was
performed, which was a very challenging procedure due to the corneal opacities.
Post-operative follow up was unremarkable, local and general treatment was slowly
tapered, and the patient was left only on lubricant and immunosuppressant.

A year after his first presentation to our department, the patient preserves a.visual
acuity of 2/10 in his left eye, and no other recurrence was noted.

3. DISCUSSION

Mooren’s ulcer is an uncommon cause of peripheralulcerative keratitis (PUK) [2],
which is characterized by a painful, relentless, chronic ulcerative keratitis that begins
peripherally and progresses circumferentially and centrally, with minimal or no
scleral involvement. It can be either unilateral or bilateral such as our case.
Various studies suggest that Mooren ulcer develops after corneal trauma, infection,
or surgery, however the exact etiopathogenesis is yet unclear [3], [4].

An autoimmune condition triggered by cornea-specific antigens that become
exposed due to trauma or surgery have beenlinked to the pathogenesis of
Mooren’s ulcers [5]

Due to the rarity of this entity ‘and the limited published literature, the surgical and
medical management of Mooren’s ulcer is still challenging and no high-quality
evidence supports the use of any treatment option [6]

Combined methods are often required including topical and systemic
corticosteroids, local and systemic immunosuppressive agents, resection of
adjacent inflamed conjunctiva, amniotic membrane grafting, cyanoacrylate tissue
adhesive application:in case of perforation, and lamellar or full thickness
keratoplasty in advanced cases [7]

A recent study conducted by guindolet et al introduces rituximab as a new
interesting therapeutic option when all treatments were previously proposed [8]
Despite an:intensive care, the prognosis of mooren’s ulcer and its recurrences are
still-a big issue; therefore, an early diagnosis and proper treatment are essential to
prevent.a devastating outcome. [9]

Figure 1. clinical photographs and OCT images of both eyes
a: clinical photograph and b: OCT scan of the persistent central island in the right eye
with circumferential thinning.

c: clinical photograph and d: OCT scan showing peripheral corneal thinning.



Figure 2.a: clinical photograph and b: OCT scan showing complete-melting of the stroma

figure3.a: progression of the ulcer b: infiltrates at the advancing margin c: fluoresceine
staining of the active ulcer d: OCT scan of the amniotic graft e: A complete healing of the



ulcer with a dense cataract in the left eyelevel heading.

4. CONCLUSION

The case we are presenting emphasizes the complexity of the management of
Mooren'’s ulcer. To this day, there is no consensus on the most appropriate
approach to handle it; and the common practice

of a stepwise -approach clinically determined to be best for

the patient's characteristics, will have to continue.
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