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circumpapillary RNFL thickness. Decompression of the eye 
relieves this blockage at the scleral edge, thereby allowing more 
downstream axoplasmic flow to proceed, possibly explaining 
the thinning of circumpapillary RNFL measurements with 
the apparent decrease in cupping in this case. On the other 
hand, this may simply represent continued glaucomatous 
damage to RNFL despite well‐controlled IOP. A further study 
of this phenomenon may be warranted to help elucidate the 
mechanisms of injury of glaucomatous damage in pediatric 
eyes.

Literature search
PubMed databases from 1975 to 2010 were searched for 
keywords reversal of cupping, optical coherent tomography, and 
retinal nerve fiber layer. The non‐English literature was not 
included in our search.
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Complex limbal choristoma in linear 
nevus sebaceous syndrome managed 
with scleral grafting

Nitin Trivedi, Girish Nehete

Linear nevus sebaceous syndrome (LNSS) is characterized 
by nevus sebaceous, mental retardation, seizures, and ocular 
abnormalities such as complex limbal choistoma. A young male 
with history of mass in right eye and blackish discoloration of 
skin over right and left side of forehead since birth presented 
with foreign body sensation and diminished vision in right eye. 
Ocular examination showed mass over epibulbar region with 
chorioretinal coloboma and posterior staphyloma in right eye 

and megalocornea in left eye. Histopathology report revealed 
complex limbal choristoma with compound melanocytic nevus. 
The case was managed by surgical excision of the limbal mass 
and filling the gap with scleral graft.

Key words: Chorioretinal coloboma, complex limbal choristoma, 
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Linear nevus sebaceous syndrome (LNSS) is characterized 
by nevus sebaceous, mental retardation, seizures, and ocular 
abnormalities. Epibulbar choristomas are common, while 
posterior scleral choristomas are very rare.[1] We report 
the clinical and histopathological findings and surgical 
management of a patient with LNSS.

Case Report
A 16‐year‐old male came to our outpatient clinic with 
complaints of foreign body sensation and diminished vision in 
right eye. He gave history of blackish discoloration of the skin 
over right and left side of forehead since birth. There was no 
history of mental retardation and convulsion [Fig. 1].

Birth history was not significant and there was no family 
history of consanguinity.

General examination showed melanotic patches over right 
and left side of face, forehead, and temple. The scalp region 
also showed involvement in the form of nevus sebaceous in its 
characteristic clinical appearance and patchy alopecia.

Magnetic resonance imaging (MRI) of brain was normal.

Examination of right eye showed visual acuity up to 2 m. 
Finger counting and the slit lamp examination showed a large 
mass hanging over temporal bulbar conjunctiva involving 
superotemporal quadrant of the cornea [Fig. 2]. Fundus 
examination showed posterior staphyloma, chorioretinal 
atrophic patches, and coloboma over superotemporal arcade.
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Examination of left eye showed visual acuity 20/40, 
megalocornea, and nevus over temporal limbus with 
Intraocular pressure of 18.9 mmHg and fundus was normal.

Ultrasonography preoperatively showed both eye axial 
length 26 mm, only right eye showing posterior staphyloma, 
rest no abnormality detected. Surgical excision of the limbal 
mass was planned [Fig. 3].

An attempt was made to remove the limbal mass surgically 
under peribulbar anesthesia. A fine dissection was carried out 
to separate the mass from sclera but separation was not possible 
and as the dissection went deeper, uveal tissue was visible. The 
mass was found to be involving superotemporal quadrant of 
the cornea. At the end of dissection, mass was separated leaving 
behind a gap of size 1 × 1.5 cm in the scleral coat showing black 
uveal tissue. The excised mass consisted of pigmented and 
nonpigmented areas and was soft to hard in consistency which 
was sent for histopathological examination. Preserved sclera 
of size 1 × 1.5 cm was fashioned and sutured to cover up the 
defect with 6‐0 black nylon in intermittent fashion.

Postoperatively, fundal glow improved but improvement 
in visual acuity was negligible due to chorioretinal coloboma.

Figure 1: Photograph of a patient Figure 2: Slit lamp photograph of right eye showing limbal mass

Figure 3: Postoperative Slit lamp photograph of right eye with sclera 
graft showing red fundal glow

Figure 4: Scalp involvement in the form of nevus sebaceous and 
patchy alopecia

Gross/macroscopic examination showed grayish black mass 
measuring 1 × 0.5 cm and another mass of brownish color 
measuring 1.5 × 1 cm and mature cartilage measuring 1.5 × 2 cm.

Microscopic examination of grayish black mass showed 
stratified squamous epithelium with adnexal structure, 
lacrimal glands, adipose tissue, neural tissue, and mature 
cartilage. Another brownish colored mass revealed area of 
stratified squamous epithelium with compound melanocytic 
proliferation, pigmentation without atypia and mitosis, 
suggestive of compound melanocytic nevus.

Histopathological examination was consistent with complex 
ocular choristoma.

Discussion
Epibulbar choristomas are common in LNSS and may occur 
bilaterally in some cases. Complex choristomas are rare 
epibulbar tumors and are characterized by the presence 
of two or more ectopic tissues. Surgical treatment may be 
required because of involvement of the cornea. In our case, the 
choristoma was unilateral and histopathologically complex, 
showing stratified squamous epithelium with adnexal 
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Cluster endophthalmitis following 
multiple intravitreal bevacizumab 
injections from a single use vial

Perwez Khan, Lubna Khan1, Prosenjit Mondal

The risk of endophthalmitis is always a concern when an 
intraocular procedure is performed. Intravitreal injection is a 
frequently used method for therapeutic management of many 
diseases, affecting the posterior segment of the eye. Hence, 
it is important to assess the risk of complications, especially 

endophthalmitis. Most studies conducted concentrate on risk 
assessment from single use from single drug vial. The present 
article reports the occurrence of cluster endophthalmitis 
following multiple intravitreal bevacizumab injections from 
a single vial. Intravitreal injection of bevacizumab was 
administered to eight eyes of eight patients. Administered dose 
was prepared from single 4‐ml vial of bevacizumab and was 
injected in the eye, after patient preparation and under aseptic 
conditions. The procedure was repeated for the remaining 
patients, thereby imparting multiple pricks in the same vial. 
Four of the eight patients reported to the hospital on the 3rd day 
after injection with complaints of pain, watering, and diminution 
of vision. Two patients reported the following day with similar 
complaints. Two patients who did not report by the 4th day were 
contacted and recalled for an examination. All the patients were 
thoroughly examined using slit lamp biomicroscopy and indirect 
ophthalmoscopy. Six out of eight were clinically diagnosed 
to have endophthalmitis and were administered intravitreal 
antibiotics. The present report highlights possibility of microbial 
contamination of the drug vial or during compounding process. 
However, from the present incident, we are encouraged to stay 
vigilant and wary of contamination

Key words: Bevacizu mab, cluster endophthalmitis, alternate 
protocol

Herein we report the occurrence of endophthalmitis in six out of 
eight patients, following intravitreal injection of bevacizumab, 
who received the same for various indications, from the same 
single dose vial.

Bevacizumab (AVASTIN, Genentech, Inc.) became the first 
therapy approved by the US Food and Drug Administration 
(FDA) designed to inhibit angiogenesis in tumors. After 
approval, bevacizumab gained access into ophthalmology, to 
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structure, lacrimal glands, adipose tissue, neural tissue, and 
mature cartilage.[2,3] The choristoma in the right eye was 
excised and scleral grafting was performed as choristoma 
was involving more of scleral side. Other ocular findings 
which may be present with LNSS are eyelid colobomas and 
masses, ptosis, nystagmus, strabismus, corneal vascularization, 
microphthalmia, macrophthalmia, iris coloboma, cataract, 
chorioretinal coloboma, staphyloma, optic disc coloboma, 
optic nerve glioma, pseudopapilloedema, choroidal osteoma, 
and cortical visual impairment. Our case had unilateral limbal 
choristoma, posterior staphyloma, and chorioretinal coloboma 
over superotemporal arcade and left eye showed megalocornea 
and nevus over temporal limbus. Also compound melanocytic 
nevus involving periocular region of face was noted which was 
purely coincidental finding.

Nevus sebaceous may be associated with malignancy. 
Therefore, these patients must be monitored closely. In our 
patient, the nevus sebaceous has shown no evidence of malignant 
transformation till 1 year of follow‐up examinations. Patchy 
alopecia was also observed in our case [Fig. 4]. Neurological 
abnormalities, seizures and mental retardation, quadriparesis, 
microcephaly, and diencephalic syndrome may be observed in 
LNSS patients. But, our patient had no history of developmental 
delay and convulsion and no evidence of mental retardation.

Corneal grafting was tried in these patients but no 
encouraging results found due to graft vascularization.[4] 
Amniotic membrane transplant was also tried after excision 
of complex limbal choristoma for surface reconstruction.[5] 
Complex choristomas are usually deep and scleral grafting may 
be required to achieve the anatomical integrity. We have done 
scleral graft in our patient, which has proved to be promising.

References
1. Erkilic K, Ozkiris A, Evereklioglu C, Dogan H. Bilateral epibulbar 

and posterior sclera choristomas in linear nevus sebaceous 
syndrome. Acta Ophthalmol Scand 2003;81:312‐4.

2. Hayasaka S, Sekimoto M, Setogawa T. Epibulbar complex 
choristoma involving the bulbar conjunctiva and cornea. J Pediatr 
Ophthalmol Strabismus 1989;26:251‐3.

3. Shields JA, Shields CL. Overview of tumors of the conjunctiva 
and cornea. In: Jonathan W, Pine Jr, editors. Eyelid, conjunctival, 
and orbital tumors: An atlas and textbook. 2nd ed. Philadelphia: 
Lippincott Williams & Wilkins; 2008. p. 743.

4. Duncan JL, Golabi M, Fredrick DR, Hoyt CS, Hwang DG, Kramer 
SG, et al. Complex limbal choristomas in linear nevus sebaceous 
syndrome. Ophthalmology 1998;105:1459‐65.

5. Sangwan VS, Sridhar MS, Vemuganti GK. Treatment of complex 
choristoma by excision and amniotic membrane transplantation. 
Arch Ophthalmol 2003;121:278‐80.

Namrata
Rectangle


