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ABSTRACT
Conjoined twin is a rare phenomenon. This is a report of suspected undiagnosed bicephalus conjoined twin that presented as
hanging breech which was delivered by craniotomy. It presented with management challenge, from attempted home delivery
to a primary healthcare facilty and finally refered to the Specialist Hospital. The diagnosis was made after delivery. The
finding was a male stillborn infant with normal body parts but two heads. Clinicians should look out for these complications
when confronted with hanging breech.
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Introduction
Bicephalus conjoined twins are among the rarest of conjoined
twins reported in literature. Bicephalus conjoined twins
presenting as a cause of hanging breech are even rarer, if ever
reported. Conjoined twin is an extremely rare phenomenon
occurring in about 1 in 49,000 to 1 in 189,000 births.[1] In
the United States, a value of 1 in 33,000 to 1 in 165,000 has
been reported.[2] The incidence of bicephalus conjoined twin
is not clear in literature due to its rarity; however, a case has
been reported by Kaufman.[3]

Case History
A 19‑year‑old gravida 2 para 1, one alive, whose last child
birth was 3 years ago, presented on 30th January 2019 at the
labor ward with arrest of the after‑coming head of breech
in labor. Her first pregnancy was unsupervised, and delivery
was done at home to an infant who is alive and well. There
was no family history of twinning.
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The patient did not book index pregnancy and could not
remember her last menstrual period but thinks she was term;
she started labor at home with a traditional birth attendant.
However, when the head could not be delivered after the
delivery of the body, they rushed to a primary health center.
From there, they were referred to our hospital, with hanging
breech at term.
A preliminary ultrasound scan was done in the labor ward,
which did not reveal anything significant. A provisional
diagnosis of hanging breech secondary to suspected
hydrocephalus with intrauterine fetal death was made. The
patient was prepared for and had craniotomy in the theater.
After craniotomy with some difficulty, the baby was eventually
delivered. The finding was, however, a two‑headed male
infant, having one neck, trunk, and a pair of hands and legs,
weighing 2.8 kg [Figure 1].
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Conjoined twins can be diagnosed by ultrasound as early
as 8 weeks of gestation; however, even with ultrasound,
the asymmetric forms can present diagnostic challenge.[8]
This can explain why the ultrasound missed the diagnosis.
These women should have been delivered abdominally as the
vaginal route will increase morbidity. However, obstetricians
should be wary of cases of hanging breech and suspect rare
occurrence like this.

Figure 1: Bicephalus conjoined twins – anterior view. Bicephalus conjoined
twins – posterior view

The parents did not consent for postmortem X‑rays or
autopsy.
The patient was placed on antibiotics and other medications;
she was counselled and discharged after 48 hours.

Discussion
Conjoined twins are monozygotic twins joined in the uterus.
It is an extremely rare phenomenon occurring in about 1 in
49,000 to 1 in 189,000 births.[1,2] The incidence is, however,
higher in South‑West Asia and Africa and has also been
reported in other animals.[1,4,5]
Most conjoined twins were females with a ratio of 3:1 which
carries a better survival rate.[1,2] The stillbirth rate of conjoined
twins is 40%–60%; one‑third of those born a life will die in
the first 24 hours.[2]

Various modalities of treatments have been tried for
conjoined breech with appreciable success depending on the
type.[9,10] However, the chances for survival are extremely rare.
Delivery of conjoined twins and its management is often
associated with moral, ethical, and religious concerns;[9,10]
while some attribute it to witchcraft and superstitious beliefs,
some are worried because of the stigma associated with it.[9]
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There are mainly two types of conjoined twins: the
symmetrical and asymmetrical – in symmetrical, two fetuses
can be identified; whereas in asymmetrical, only a single fetus
is identified with doubling of a particular organ.[6] Examples
of symmetrical are thoracoomphagus (74%), pyophagus
18%, ischiopagus 6%, and craniopagus (2%). Asymmetrical
conjoined twins are very rare and include parasitic twins and
bicephalus conjoined twins.[6,7]
In the case presented, only the head is doubled on a
single neck grossly. (No X‑rays were done; this is because
the parents did not give consent for X‑ray or postmortem
autopsy.) It means splitting here could have started before
gastrulation.
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