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Isolated Ankyloblepharon Filiforme Adnatum: A Case Report

Abstract

Ankyloblepharon filiforme adnatum (AFA) is a rare congenital anomaly consisting of partial or
complete adhesion of the upper and lower eyelids, and it can be an isolated finding, or associated
with other multisystemic anomalies. Its presence should alert the neonatologist of the need for a
detailed systemic evaluation. We present a twenty day old baby who presented to our facility on the
8th of August 2019, with bilateral adhesions of the upper and lower eyelids, and had them excised
with the use of McPherson’s forceps and Vannas scissors, with no sedation or anesthesia. Timely
separation of the lids is important to prevent the onset of stimulus deprivation amblyopia.
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Introduction

Ankyloblepharon filiforme adnatum (AFA)
is a rare congenital malformation affecting
the eyelids. It can be single or multiple bands
of tissues joining the upper and lower lids,
either unilaterally or bilaterally. However,
it is important to look out for other
coexisting pathology like hydrocephalus,
imperforate anus, meningocoele, and
iridogoniodysgenesis etc.'l It should be
distinguished from simple ankyloblepharon
wherein the lid margins are fused directly.™

Von Hasner in 1881 was the first to report
this condition as a benign congenital
anomaly, usually associated with multiple
and complex malformations, suggestive
of autosomal dominant inheritance of
varying degrees of penetrance,’> and
sporadic cases have also been reported.®
No sex affinity has been reported to date.
Inutero, the fusion of the eyelids is normal,
until the fifth month of gestation when
separation begins, however it may take
up to the seventh month of gestation to
completely separate. The aetiology of this
is unknown and a number of theories
have been proposed, the currently accepted
theory is that the condition is due to an
interplay of temporary epithelial arrest
and rapid mesenchymal proliferation
allowing union of the lids at abnormal
positions.” Fusion seen at birth as in AFA
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is abnormal.>” Case reports on AFA with
or without congenital associations are rare
in literature.

AFA is amblyogenic and when associated
with other congenital abnormalities, it may
account for high morbidity and mortality.?
Treatment of AFA is simple excision of
tissue band from the lid margin. We report a
case of a neonate with isolated AFA treated
on the twentieth day of life.

The Case

This is the case of a 20-day old male
delivered at 39 weeks 4 days gestation
by spontaneous vaginal delivery at a
secondary health facility to a 37 year old
healthy primiparous and a 38 year old
healthy father, out of non-consanguineous
marriage. The delay at presentation was
because the mother was initially told it will
resolve with time however, she got a contrary
opinion necessitating her presentation to
the Ophthalmology unit with the child. He
was brought to the Ophthalmology Clinic
of the Jos University Teaching Hospital
with a history of inability to open both
eyes since birth with associated eyelids
swelling. There was no history of maternal
ingestion of un-prescribed medications
during pregnancy, except for routine ante-
natal medications (folic acid, iron and
antimalarial). Pregnancy was uneventful,
and there was no maternal exposure to
radiations. The baby weighed 3900g with an
APGAR scores of 8 and 9 in the lest and
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5% minutes respectively, baby was noted to have partially
fused eyelids with bands of tissue arising from the grey line,
measuring about 0.5mm in breadth and 3mm in length
between the upper and lower eyelids with limited palpebral
aperture of 3.3mm in both eyes [Figures 1 and 2]. There
were two bands in the right eye located towards the lateral
canthus [Figure 1] and two bands on the left eye, one of
which is centrally placed and the other towards the lateral
canthus [Figure 2].

Informed consent was obtained from the parents and with
taking aseptic precaution in both eyes by cleaning the lids
with 10% povidone iodine after instilling amethocaine eye
drops, the adhesions were divided with a Vannas scissors
and McPherson’s forceps holding it for about a minute
before excising along the lid margin on the upper lid and
then doing same along the lower lid margin in each eye
[Figure 3]. There was minimal bleeding. No sedation or
local anesthesia except for topical amethocaine was required
with minimal discomfort on the child. The posterior surface
of the eyelids, ocular surface, ocular motility, anterior
segment and fundus were normal [Figure 4]. Intraocular
pressures after excision was normal (13 mmhg), gonioscopy
was not done at presentation.

Two weeks postoperatively, both eyelids were fully opened
with no abnormality. Pediatrician’s review of the child
indicated no other congenital abnormality was found, hence
the diagnosis of an isolated ankyloblepharon filiforme
adnatum.

Discussion

Ankyloblepharon filiforme adnatum (AFA) is a rare but
potentially amblyogenic congenital abnormality of the
eyelids, with single or multiple bands of extensile tissue
joining the upper and lower eyelids.® This can be isolated as
in our patient or associated with other congenital anomalies.
Treatment is given for neonates comfort and to prevent the
risk of developing visual system abnormality (amblyopia)
by simply excising the bands without sedation or anesthesia,
as opposed the intravenous sedation previously suggested.®
Timely separation of these bands for proper opening of the
lids is important to reduce the risk of stimulus deprivation
amblyopia.™

The length of the bands was 3mm in length and 0.5mm in
breath, these fall within the range reported in the literature
from 1 to 10mm and breath varies from 0.3 to 0.5mm
and are invariably extensible. The band lies between the
cilia and orifices of the tarsal gland, histology done shows
it is composed of a central vascular connective tissue
strand surrounded by stratified squamous epithelium. This
agrees with finding from other studies!"-? this disagrees with
findings by Cordero who found muscle fibers and numerous
sub-epithelial glands in histologic study of the band.”

Pathogenesis of the condition is disputed, however the most
accepted theory is that of pure aberrance of development,
due to either temporary arrest of the growth of epithelium

Figure 3: Holding the tissue band with Mcpherson’s forceps and cutting
with Vannas scissors

PV

Figure 2: Ankyloblepharon filiforme adnatum in the left eyelid

Figure 4: Eyelids after excision of bands
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or more probably, an abnormally rapid proliferation of
mesoderm allowing union of the lids at abnormal position.?”

The index case had an isolated form of AFA with no gross
systemic or ocular associations. Rosenmans in 1980 classified
AFA into four sub-groups (1. isolated; 2. associated with
cardiac or central nervous system anomalies; 3. associated
with ectodermal syndromes; 4. associated with cleft lip
and/or palate).l'” However, Bacal et al''? suggested a fifth
group where chromosomal abnormalities are detected.
Ankyloblepharon filiforme adnatum (AFA) has both ocular
and systemic associations.!3-10-11.13-16]

Ophthalmic association includes iridogoniodysgenesis and
juvenile glaucoma.!¥ Systemically, AFA is associated with
cleft lip and palate in most familial cases.>!¥ In some patients
it occurs as part of Edwards syndrome (Trisomy 18).5:!1
Hay-wells syndrome (a variant of ectodactyly-ectodermal
dysplasia- cleft lip —palate syndrome) popliteal pterygium
syndrome (characterized by intercrural webbing of lower
limb), and curly hair-ankylobrapahron-nail dysplasia
(CHANDS).®! It may also present with hydrocephalus,
meningocele, imperforate anus, bilateral syndactyly, cardiac
problems such as persistent ductus arteriosus and cardiac
septal defects.[!516]

Our patient did not have any associated ocular or systemic
abnormality, however the child is being followed up once in
3 months to monitor the intraocular pressures and carrying
out gonioscopy under general aneasthesia. The intraocular
pressures were normal with an open anterior chamber angle
and structures.

Conclusion

Ankyloblepharon filiforme adnatum (AFA) is a rare
congenital condition which can be easily missed at first
clinical examination at birth due to eyelid swelling as seen
in our patient.

There’s the need for a detailed ocular and systemic
examination at birth to detect such occurrences to
prevent future functional problems like impaired vision
or amblyopia, and because eyelid malformations can be a
pointer to possible multisystem disease.
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