Diriba et al. Journal of Medical Case Reports
https://doi.org/10.1186/513256-024-04732-8

(2024) 18:406

Journal of
Medical Case Reports

Concordant fatal congenital anomaly

®

Check for
updates

in twin pregnancy: a case report and review

of the literature

Amenu Diriba', Temesgen Tilahun' ®, Lammii Gonfaa', Jemal Gebi', Bikila Lemi', Jiregna Fyera',
Suleiman Mazeng', Aschalew Legesse' and Dinaol Alemu!

Abstract

before getting pregnant again.

Background When a pregnant mother finds out she has a fetus with a congenital defect, the parents feel profound
worry, anxiety, and melancholy. Anomalies can happen in singleton or twin pregnancies, though they are more com-
mon in twin pregnancies. In twins, several congenital defects are typically discordant.

Case summary \We present a rare case of concordant fatal anomaly in twin pregnancy in a 22-year-old African
patient primigravida mother from Western Ethiopia who presented for routine antenatal care. An obstetric ultra-
sound scan showed anencephaly, meningomyelocele, and severe ventriculomegaly. After receiving the counseling,
the patient was admitted to the ward, and the pregnancy was terminated with the medical option. Following

a successful in-patient stay, she was given folic acid supplements and instructed to get preconception counseling

Conclusion The case demonstrates the importance of early obstetric ultrasound examination and detailed anatomic
scanning, in twin pregnancies in particular. This case also calls for routine preconceptional care.
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Introduction
A “congenital anomaly” is defined as any abnormal devia-
tion from the expected structure, form, or function.
“Malformations” are morphological abnormalities of
organs or regions of the body resulting from an intrin-
sically abnormal developmental process, whereas “dis-
ruptions” are defects from interference with an initially
normal developmental process [1, 2].

Congenital anomalies present in twins also include any
anomaly that may occur in singletons, including primary
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structural malformations, chromosomal defects, and
genetic syndromes [1, 2]. The anomalies may involve
one or both twins [2, 3]. The former is called discord-
ant, while the latter is termed concordant [1-3]. Due to
the anomaly’s multifactorial inheritance pattern, which
is influenced by both genetic and environmental factors,
twins are usually discordant for this anomaly, with only
one co-twin affected [1, 3].

However, some research has shown that identical twins
have concordant anomalies such as neural tube defects
[3, 4]. Here we present a rare case of concordant congeni-
tal anomaly in twin pregnancy.

Case presentation

This 22-year-old African patient primigravida from
western Ethiopia came to Wallaga University Refer-
ral Hospital for her second appointment as part of her
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routine prenatal care schedule. She said she had been
amenorrheic for the past 4 months, but she could not
recall the last time she had had a regular menstrual
cycle. She received folic acid 5 mg (orally daily and iron
sulphate 325 mg orally three times daily for 3 months,
and two doses of tetanus—diphtheria vaccine during
her prenatal care. However, she had no preconceptional
care.

In the course of the index pregnancy, she had never
experienced headaches, vaginal bleeding, blurred
vision, or epigastric pain. In addition, she had no his-
tory of smoking tobacco, chewing khat, drinking alco-
hol, or using other forms of medication. She had never
had bronchial asthma, hypertension, diabetes mellitus,
or heart disease.

There was no history of twin pregnancies in her
family. This patient was diagnosed with hyperem-
esis gravidarum and hospitalized to the gynecology
ward a month prior to the current presentation. She
was released from the hospital after 2 days, having
improved. It proved that the pregnancy was twins at 11
weeks appropriate for gestational age (AGA). However,
no fetal anomaly was detected.

On examination, she was healthy-looking. Her
vital signs were blood pressure (BP)=120/70 mmHg,
pulse rate (PR) =84 beats per minute, respiratory rate
(RR)=20 breaths per minute, and a temperature of
37.6 °C. She had slightly pale conjunctiva. An abdomi-
nal exam showed a 20-week-sized gravid uterus. The
lymph glandular system, respiratory system, cardiovas-
cular system, and genitalia were normal. On neurologic
examination, reflexes were intact, and meningeal signs
were negative.

Urinalysis; complete blood count; random blood
sugar (RBS); serology for syphilis, hepatitis, and human
immunodeficiency virus (HIV); obstetrics ultrasound;
and blood group were done. Obstetrics ultrasound
showed a twin intrauterine pregnancy with an anence-
phalic twin A and severe ventriculomegaly and lumbar
myelo-meningocele in twin B (Table 1).

With the final diagnosis of a second-trimester twin
pregnancy with a concordant fatal anomaly, the patient
was admitted to the gynecology ward. In the ward, the
patient was given mifepristone 200 mg orally. After
24 hours, 400 pg of misoprostol was inserted vaginally.
A total of 8 hours later, she expelled twin A, weighing
120 g of anencephalic abortus with cervical, thoracic,
and lumbar vertebral defect, and twin B, weighing
150 g of hydrocephalic abortus with a thoracic and
lumbar vertebral defect, and protrusion of the intes-
tine via the right side para umbilical area without the
covering membrane (Fig. 1A, B). The placenta was
monochorionic.
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Table 1 Laboratory investigation results of a 22-year-old mother
with concordant fatal anomaly in a twin pregnancy at Wallaga
University Referral Hospital, Western Ethiopia, 2023

Lists of investigation Result
WBC 6300/pl
Hemoglobin 9.8 g/dl
Platelet 370,000/l
Urinalysis Glucose +1
VDRL Non-reactive
HBSAG Non-reactive
Serology for HIV Non-reactive
Random blood sugar 92 mg/dl
Blood group and Rh O-positive
Obstetrics ultrasound Twin A
+ AGA: 18 weeks
- Non-visualized calivarium above the level
of orbit
Twin B

+ AGA: 18 weeks + 3 days

- Dilated ventricles (each 18 mm)

- Lemon-shaped calvarium

- Defect of bonny spine at lumbar region
with multisepated cystic swelling

HBsAG, Hepatitis B surface antigen; Rh, Rhesus factor

Fig. 1 A Twin abortuses with neural tube defects at Wallaga
University Referral Hospital, Western Ethiopia, 2023. B Twin abortuses
with neural tube defects and gastroschisis at Wallaga University
Referral Hospital, Western Ethiopia, 2023
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Discussion

When compared with singleton pregnancies, the rates
of congenital anomalies are higher with multiple preg-
nancies [5, 6]. In fetuses in multiple gestations, these
anatomic abnormalities are more commonly linked to
monozygotic (MZ) twining than dizygotic (DZ) twining
[2,7].

Anomalies may affect all organ systems, but the com-
monest involve cardiovascular and central nervous
systems, followed by ophthalmic and gastrointestinal
abnormalities [1, 4, 7, 8]. The concordance rate of major
congenital malformations is around 20% for monozygotic
twins, with most dizygotic twin pairs being discordant
[1]. Only in certain organ systems do monozygotic twins
exhibit higher concordance rates than DZ twins [4, 7].
Our case is MZ twins. In both twins, the neural nerv-
ous system was affected. The twin pairs had neural tube
defects. One twin had gastroschisis.

Anomalies in singleton and twin pregnancies are asso-
ciated with maternal exposure to various factors such as
diazepam use, cigarette smoking, maternal obesity, and
nutritional deficiencies [9]. Our case was complicated by
hyperemesis gravidarum. Because of repeated vomiting,
it could result in nutritional deficiency, which could in
turn result in neural tube defects and other anomalies.

There is limited published evidence about screening for
structural abnormalities in twin or higher order pregnan-
cies [10]. Careful sonographic surveys of fetal anatomy
are indicated in multifetal pregnancies because the risk
for congenital anomalies is increased [11]. A complete
fetal anatomic survey is therefore recommended for all
twin gestations at 18—-22 weeks’ gestational age [12]. The
accuracy of ultrasonography for detecting congenital
fetal anomalies in multiple gestations has not been ade-
quately studied in large series [11].

Following diagnosis of an anomaly affecting only one
fetus, practitioners may face the dilemma of expectant
management versus selective termination. If the option of
selective fetocide is considered, the main variable deter-
mining the technique to achieve this aim is chorionicity
[13-15]. In a dichorionic pregnancy, passage of fetocidal
agents from one twin into the circulation of the co-twin is
unlikely due to the lack of placental anastomoses [13, 14].
When monochorionic (MC) twins are complicated with
discordant fetal anomalies, the management scheme will
be much more complex [13, 14]. In this case, selective
termination needs to be performed by ensuring complete
and permanent occlusion of both the arterial and venous
flows in the umbilical cord of the affected twin. Bipolar
cord coagulation under ultrasound guidance is associated
with approximately 70-80% survival rates [14, 15]. How-
ever, management of concordant fatal anomaly in twin
pregnancy is not controversial [3]. In our case, both twins
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had fatal congenital anomalies, which required immedi-
ate termination of the pregnancy using misoprostol.

Conclusion

The case demonstrates the importance of early obstetric
ultrasound examination and detailed anatomic scanning,
in twin pregnancies in particular. This case also calls for
routine preconceptional care.

Abbreviations
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HIV Human immunodeficiency virus
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