DOI: 10.7860/JCDR/2021/46306.14496

[ Ophthalmology Section ]

PRABHAKAR SINGH', ABHISHEK GUPTA?, RICHA GUPTA?®

ABSTRACT

Case Report

Management of Ocular Surface Squamous
Neoplasia in Association with Fungal
Keratitis in a HIV Positive Individual

Ocular Surface Squamous Neoplasia (OSSN) co-existent with fungal keratitis in an immunodeficient individual has rarely been
talked about in literature. Risk factors for fungal keratitis are trauma with vegetative matter, topical steroid abuse, poor ocular
surface, corneal anaesthesia, systemic immunosuppression, etc., and for OSSN a major risk factor is immunodeficiency. In current
report, patient had multiple risk factors. This report highlights the management of HIV positive 42-year-old male with OSSN and
fungal keratitis. A comprehensive evaluation helps clinician decide on treatment priority and achieve good clinical outcome.
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CASE REPORT

A 42-year-old male presented to the ophthalmic clinic with complaints
of whitish growth over the cornea of the left eye for 4 months. It
started as a painless, small lesion at the limbus that progressed
over three months to encroach the cornea. Patient used topical
medications (topical steroids) without proper medical advice. He
sought ophthalmology consultation only when it became painful with
significant decrease in visual acuity for one month. His visual acuity
at presentation was 20/20 in the right eye and 20/600 in the left eye.
Onexamination, alarge, mixed, leukoplakic (overlying cornea, inferior
and inferonasal limbus; H4.5*V6.5 mm) and papillomatous (Inferior
and temporal bulbar conjunctiva; H4*V14 mm) mass was noted with
overhanging keratin, straddling nasal and inferonasal limbus [Table/
Fig-1]. Multiple dilated and tortuous feeder vessels were noted. The
inferior and temporal bulbar papillomatous lesions were taking up
rose-bengal stain and highlighting the extent of involvement [Table/
Fig-2]. All fornices were unaffected on gross examination on slit-
lamp. Pre-auricular and submandibular lymph nodes were not
enlarged. Clinical features of lesions were very suggestive of OSSN.
Ulcerative lesion was noted in the cornea, involving the visual axis.
The infiltrates size was 4*3.5 mm (H*V) in dimension, involving more
than two-third of corneal thickness, and had feathery edges. The
patient was enquired about high-risk behaviour and was found to be
positive for HIV1 and HIV2 on screening. Left eye corneal scraping
was done and the direct smears with Grams staining and 10%
KOH showed plenty of septate, hyaline fungal filaments. Topical
Natamycin (5%) was started hourly along with topical homatropine
(2%). Oral ketoconazole 200 mg was started twice daily for 2 weeks
after obtaining a normal liver function test. The patient was asked to
return to the clinic after 1 week. The patient was counseled about
the condition and referred for HAART therapy. His CD4 counts were
done at district health facility and were found to be 470 cells/cu.mm.
The patient was administered with HAART therapy. It took almost a
month for the fungal ulcer to resolve completely. Once the corneal
scar was evident patient was re-evaluated and ASOCT was done
to look for extent of disease. The disease largely appeared confined
to epithelial layer on ASOCT and thus the patient was started on
topical interferon alfa 2b (1MIU/cc) (1cc prefilled syringe of Intalfa
3 MIU, manufactured and marketed by Intas Pharmaceuticals
Ltd., India) in a dose of 1 drop 4 times a day. Initially, the patient
was reviewed every week to see recurrence if any. Subsequently,
the patient was followed-up every 3 weeks. Bulbar papillomatous
lesions started resolving after 2 weeks of commencement of topical
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interferon-alpha 2b. Stippled conjunctival pigmentation was noted
over the bulbar region where the OSSN had resolved. By the end of
three months, all bulbar lesions were completely resolved; however,
limbal and corneal lesions were persisting [Table/Fig-3]. Though
significant improvement was noted for corneal lesions also. By the
end of five months, all lesions had resolved completely [Table/Fig-4].
However, topical interferon-alpha 2b was continued for one more
month. By now the patient has completed 1.5 years of follow-up
with no recurrence.

#g

[Table/F|g-1] Showing the Ocular Surface Squamous Neoplasia mass straddling
nasal and inferonasal limbus (leukoplakic) with overhanging keratin and resolving
corneal infiltrate in the visual axis. [Table/Fig-2]: Showing papillomatous ocular
surface squamous neoplasia involving temporal and inferior bulbar conjunctiva.
(Image from left to right)

[Table/Fig-3]: Showing persistent corneal lesion by the end of three months, on
interferon-alpha 2b. [Table/Fig-4]: Showing complete resolution of lesion. (Images
from left to right)

DISCUSSION

OSSN and fungal keratitis are two different clinical entities and their
association has rarely been talked about in literature. However,
HIV positivity was noted in 38-41% of patients with OSSN and
surprisingly 70% of them were unaware of their status [1].

Risk factors for fungal keratitis are trauma with vegetative matter,
topical steroid abuse, poor ocular surface, corneal anaesthesia, systemic
immunosuppression, etc., [2,3]. In the current report, the patient had
multiple risk factors like, previous use of topical steroids, poor ocular
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surface and HIV positive status. This report highlights the management
of OSSN and fungal keratitis in an HIV positive individuals.

OSSN is the first presenting feature in HIV/AIDS in 50-86% of
patients, in Africa [4-6]. We have learned that poor ocular surface,
systemic immunosuppression, chronic topical steroid abuse,
corneal anaesthesia are the predisposing factors for fungal corneal
ulcers. Index patient had 3 out of the 4 factors discussed above.
Another plausible explanation for the development of fungal corneal
ulcers could be persistent tear film distribution abnormality due to
OSSN. This might have resulted in Dellen formation. Non resolution
of the OSSN resulted in epithelial breakdown and ulcer formation.
This ulceration is likely to be sterile to start with and must have
got secondarily infected with fungus, considering its widespread
prevalence and presence of other risk factors.

There is one report of concurrent OSSN and fungal keratitis in
literature. In this report, the eye could not be salvaged and extended
enucleation had to be done [7]. In their report, the patient had pre-
existing fungal keratitis; OSSN developed during treatment for
fungal keratitis. In the current report, the patient had pre-existing
untreated OSSN and he developed fungal keratitis subsequently.
Here, considering already compromised ocular surface with involved
nasal and inferonasal limbus and extensive involvement of bulbar
region also, the patient was started on topical interferon-alpha 2b
rather than using other modalities like MMC or FFU. There are other
modalities described in literature like topical Cidofovir, photodynamic
therapy etc., [8,9].

Immunomodulators still can have role in HIV positive patients,
provided their CD4 counts are reasonably within normal range.

Studies with a larger sample size should be done to address the
following questions: Formulate timing between stoppage of topical
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anti-fungal and commencement of interferon. Can both be treated
simultaneously? Is delay in treatment for OSSN compromising
prognosis? and Does corneal stromal melt due to corneal ulcer
facilitates intraocular spread of OSSN?

CONCLUSION(S)

A comprehensive evaluation is very important in cases with co-
existent immunodeficiency, OSSN, and superadded fungal keratitis
before going for treatment. In present case, authors treated fungal
keratitis first and then OSSN. We ensured commencement of
HAART therapy and this also probably contributed to better outcome.
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