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ABSTRACT

Ankyloblepharon filiforme adnatum (AFA) is a rare condition defined by a partial or complete
fusion of eyelids, which can lead to privation amblyopia. A female newborn was referred for oph-
thalmological examination at her fourth day of life due to the presence of bilateral tissue adhesions
between upper and lower eyelid. The obstetric history was unremarkable, except for an advanced
maternal age. The baby underwent surgical excision of the bands at the level of each eyelid mar-
gin, without complications. Neonatal examination of the new born was normal, without systemic
alterations or another eye abnormality.

Ankyloblepharon filiform adnatum can be associated with systemic syndromes and the treat-
ment should be performed as soon as the diagnosis is done.

KEYWORDS: Eye Abnormalities/diagnosis; Eye Abnormalities/surgery; Eyelids/surgery; In-
fant, Newborn

RESUMO

O anquilobléfaro filiforme congénito (AFC) é uma condicao rara caracterizada por uma fusao
palpebral que pode ser parcial ou completa, com risco de ambliopia de privagao. Um recém-nas-
cido do sexo feminino com quatro dias de vida foi referenciado ao servigo de Oftalmologia por
adesao palpebral bilateral. Para além da idade materna avangada, ndo existiam outros anteceden-
tes obstétricos relevantes. Foi realizada uma excisao cirtrgica das adesdes palpebrais ao nivel da
margem palpebral, sem intercorréncias. O exame neonatal do recém-nascido era normal, sem al-
teragdes sistémicas ou outras anomalias oftalmolégicas. O AFC pode estar associado a sindromes
sistémicos e o tratamento deve ser realizado assim que o diagnostico for estabelecido.

PALAVRAS-CHAVE: Anomalias Congénitas do Olho/diagndstico; Anomalias Congénitas do
Olho/cirurgia; Palpebras/cirurgia; Recém-Nascido
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INTRODUCTION

Ankyloblepharon filiforme adnatum (AFA) was first
described by Josef von Hasner in 1881' as a congenital ab-
normality with partial or complete adhesion of the ciliary
edges of the upper and lower eyelids. The incidence of AFA
is 4.4 per 100 000 newborns.? Fusion of eyelids is a normal
stage in fetal development, but it is abnormal at birth. The
developing eyelids fuse during the ninth week of gestation
and remain fused until the fifth month. Between the fifth and
the seventh month of gestation, a spontaneous separation of
upper and lower eyelid happens.® A disruption of this pro-
cess can occur, due to a temporary arrest of the epithelial
growth,* or an abnormally rapid proliferation of mesoderm,*
or a combination of the two which allows union of epithelia-
lized mesenchyme at certain points,* or even due to failure of
apoptosis at a critical stage of eyelid development.® Usually,
AFA constitutes a solitary malformation of sporadic occur-
rence.® However, AFA may be associated with multisystem
developmental disorders or ophthalmological alterations.

CASE REPORT

A Caucasian female baby was born at 39 weeks’ and 3
days’ gestation by elective vaginal delivery after an une-
ventful pregnancy, weighing 2870 g, measuring 47.50 cm of
height and 33.40 cm of cephalic perimeter, with an APGAR
index of 10/10/10. The mother was a healthy 40-year-old fe-
male with one successful gestation 5 years before and out of
non-consanguineous relation. There was no family history of
congenital abnormalities, the sibling’s new born was healthy.
On detailed ocular examination of the new born at four days
of age, there was a single band of extensile tissue between
upper and lower eyelid arising from the grey line, with the
limited interpalpebral aperture, in both eyes (Fig. 1). The de-
tailed neonatal examination was normal and did not reveal
any other congenital abnormality. Therefore, the adhesions
were removed with a surgical blade near each eyelid margin,
under local anesthesia. Pupillary light reflex, ocular motility,
biomicroscopy and fundoscopy were normal. At the follow-
-up visit, two weeks postoperatively, no ophthalmological
abnormality was noted (Fig. 2). The eyelid opening was
normal, as well as the upper and lower eyelid anatomy. The
new born was healthy, without detection of any systemic
anomaly during the Neonatology appointments.

Figure 1: Photograph of the new born showing extensile bands of tissue con-
necting the eyelid margins of the right and left eye, with Bell’s phenomenon
in the right eye.

Figure 2: Photograph of new born after the treatment, showing a normal

eyelid aperture and a normal external ocular aspect.

DISCUSSION

AFA can present as an isolated ocular anomaly or as a
manifestation of a multisystem syndrome. Case reports of
AFA, published from 1979 to 2021 in indexed journals, are
summarized in Table 1.

Table 1: Case reports of ankyloblepharon filiforme adnatum in the literature
Year of publi- Number of Unilateral / Number of Obstretric Ophtl}al- Syste‘mlc
Author . Journal . . mological alterations /
cation AFA cases Bilateral bands alterations A
alterations Syndromes
Maternal
smoking, me-
Unilateral Single thadone L 0 Edwards
o Arch Dis Intrauterine Syndrome
Williams et al’ 2007 Child 2 growth retar-
dation (IGR)
Bilateral Single A.FA n fz'm'u- 0 0
liar relatives
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AFA, syndac- .
Bilateral 2 tyly in familiar Cle}f)talllap;:nd
Akkermans Br] relatives
110 1979 hthalmol 2
eta Ophthalmo AFA, syndac- .
. . po Bilateral
Bilateral 2 tyly in familiar 1
relatives syndactily
Middle B Abnormal tuft
: iddle East Bilateral Several 0 of hair in the
S;"l‘}frabom 2014 Afr ] Ophthal- Z back
mol
Bilateral Several 0 0
Cleft lip
Bilateral Several 0 without cleft
Malek et al2 2019 Tunis Med 2 Balaic
" . Parent consan- CHAND
Bilateral Single guinity Syndrome
Alami et al® 2013 Pan Afr Med ] 1 Unilateral Single 0 0
Edwards’
7 q 7
Clark et al 1985 Br ] Ophtalmol 1 Bilateral Single / 2 0 S
Unilateral Single IGR
Evans et al* 1990 J Med Genet 3 Unilateral 2 ? Lt
Syndrome
Bilateral Single 0
. Parent consan- AEC /
Z(tlzll'gvﬂla 2016 Ind] n?(ﬁthal_ 1 Unilateral Single guinity Hay-Wells
(Third degree) syndrome
AFA= ankyloblepharon filiforme adnatum, IGR = intrauterine growth retardation, CHAND = curly hair-ankyloblepharon-nail dysplasia, AEC = ankylo-
blepharon-ectodermal dysplasia—clefting

AFA was initially subdivided in group I (without as-
sociated abnormalities), group II (alterations in cardiac or
central nervous system), group III (ectodermal syndrome)
and group IV (clef lip and/or cleft palate).” Other associa-
tions may include hydrocephalus, meningocele, imper-
forate anus, bilateral syndactyly, infantile glaucoma with
iridodogoniodysgenesis,® cardiac problems such as patent
ductus arteriosus and ventricular septal defects.’

An early separation of the fibrous adhesions is the stan-
dard treatment for AFA, performed with or without local
anesthesia and since it is a fibrovascular connective tissue®
there is no major bleeding.

This report demonstrates the simplicity in treating the
condition and the importance of early intervention to avoid
the development of amblyopia.

CONCLUSION

AFA is a very rare condition that requires screening of
possible systemic associations, some of them potentially li-
fe-threatening. It is important to have a multidisciplinary
team for the management of AFA, including pediatricians,
ophthalmologists, oral and maxillofacial surgeons, derma-
tologists, geneticists and psychologists to provide an ade-
quate treatment of patients and family support.
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