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Introduction: Hepatic peliosis is a rare benign vascular disorder characterized by dilatation of sinusoidal blood-
filled spaces within the liver. It often remains asymptomatic and is diagnosed incidentally in an autopsy.
Herein, we report a case of a 1-day-old female newborn who was admitted to the neonatal resuscitation unit for

;Izsve:g:legaly abdominal distension.
Neonatal Case presentation: An abdominal examination revealed a firm mass with irregular contours in the upper quadrant

of the abdomen, indicating hepatomegaly. Radiological explorations confirmed the hepatomegaly, and an
ultrasound-guided liver biopsy showed the presence of multiple blood cavities with sinusoidal dilation typical of
hepatic peliosis.

Discussion: None of the known risk factors were found in this case except antihistaminic drug consumption during
pregnancy by the mother, which could possibly have a link, although never described.

Conclusion: In this article, we report a case of neonatal hepatic peliosis likely secondary to antihistaminic con-
sumption during pregnancy. To the best of our knowledge, this is the fifth reported case (based on the MEDLINE,
Scopus, and Google Scholar databases) of neonatal hepatic peliosis.

Case report

1. Introduction or echo-guided needle biopsy to determine the accurate diagnosis [5].

In this article, we report a case of neonatal hepatic peliosis, probably

First described by Wagner in 1861 [1] and named by Schoenlank in
1916 [2], hepatic peliosis is a rare benign vascular disorder character-
ized by dilatation of sinusoidal blood-filled spaces within the liver [3].

It is a rare disease that often remains asymptomatic and is diagnosed
incidentally at an autopsy. In some cases, it's revealed by a brutal
hemorrhagic shock due to liver rupture [4], which makes it an uncom-
mon pathology that should not be ignored.

It is challenging to arrive at an accurate diagnosis using imaging
investigations alone, despite the importance of differential diagnosis
from other hypervascular diseases, including malignancy. Thus, histo-
logical assessment is sometimes carried out in conjunction with surgery

due to antihistaminic consumption during pregnancy. To the best of our
knowledge, this is the fifth reported case (based on the MEDLINE, Sco-
pus, and Google Scholar databases) of neonatal hepatic peliosis. The
work has been reported in line with the SCARE 2023 criteria [6].

2. Presentation of case

A 1-day-old Moroccan female newborn was admitted to the neonatal
resuscitation unit for abdominal distension. The baby was born out of a
non-consanguineous marriage, at term (38 weeks old), via lower
caesarean section, weighed 3.8 kg, and had an Apgar score of 10/10 at 1,

Abbreviations: MRI, Magnetic Resonance Imaging; CMV, Cytomegalovirus; EBV, Epstein-Barr virus; HIV, Human Immunodeficiency Virus; US, Ultrasonography;
CT, Computed Tomography; Gd-EOB, Gadolinium-ethoxybenzyl; LDH, Lactate Dehydrogenase; AST, Aspartate aminotransferase; ALT, Alanine aminotransferase;
GGT, Gamma-Glutamyl Transferase; HSV, Herpes Simplex Virus; HE, Hematoxylin and Eosin; M, Magnification.
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5, and 10 min of life. The mother had no history of any pathology,
smoking, alcohol consumption, or illicit drug use. Standard prenatal
serological tests were negative. There was no history of liver disease.

Her temperature was 37 °C, her pulse was 145 beats per minute, her
blood pressure was 65/45 mmHg, her respiratory rate was 44 breaths
per minute, and her oxygen saturation was 98 % in ambient air at the
time of admission.

Abdominal examination showed a firm mass with irregular contours
in the upper quadrant of the abdomen, palpable 9 cm below the costal
margin. There was no splenomegaly and no signs of portal hypertension.
The rest of the examination was normal.

Initial biological assessment was strictly normal for the age (Table 1).

Abdominal ultrasonography showed a large hyperechoic area of
segments V, VI, and VII, well defined, measuring 84 x 27 mm with a
small biliary tract dilatation (Figs. 1-2).

We completed the radiological investigations with a hepatic MRI,
which showed an infiltrating hepatic mass poorly limited with lobulated
contours in hyposignal T1, hypersignal T2 and hypersignal diffusion
measuring 105 x 58 x 512 mm. It is enhanced early and intensely after
injection of gadolinium (Fig. 3).

More investigations, including serum tumor markers (alpha-feto-
protein), viral serology for cytomegalovirus (CMV), Epstein-Barr virus
(EBV), HIV, and herpes virus, were negative.

An ultrasound-guided liver biopsy was performed. The histological
study showed a remodeled and congested liver parenchyma character-
ized by peliosis. There was the presence of multiple blood cavities with
sinusoidal dilation typical of hepatic peliosis (Fig. 4). A diagnosis of
hepatic peliosis was made, but the etiology remained unknown.

Upon further questioning, we found a three-month antihistaminic
drug consumption (ketotifen) during pregnancy.

Given the clinical tolerance, we pursued therapeutic abstention and
close monitoring.

The patient was healthy until 3 year and 2-month-old and continued
her follow-up in our hospital. The control abdominal ultrasonography
found the persistence of the mass with a relatively stable appearance,
well defined, measuring 90 x 34 cm, and the disappearance of the
dilatation of the bile ducts currently (Fig. 5).

3. Discussion
Hepatic peliosis (also called peliosis hepatis) is a rare vascular

Table 1
Biological tests.

Day 1 Day 2 Normal range value
Hemoglobin (g/dL) 12.8 - 12.5-20.5
White blood count (x10° cells/mm?) 16.7 — 5-21
Platelets (x10° cells/mm?) 357 - 170-500
C-reactive protein (mg/L) 15.5 - <5
Blood glucose (g/L) 0.87 —
AST (UI/L) 46 - <35
ALT (UI/L) 8 - <35
GGT (UI/L) 103 - 100-500/mm®
LDH (UI/L) 1095 - <40
Prothrombin time (s) 100 - 70-100
Na-+ (mmol/L) 142 - 136-145
K+ (mmol/L) 4 - 3.5-5.1
Cl- (mmol/L) 109 - 98-107
HCO3 (mmol/L) 16.7 - 22-29
Serum protein (g/L) 46 - 44-76
Ca®* (mg/L) 87 - 76-104
Adrenalin (pmol/L) - <0.02
Noradrenalin (umol/L) - 0.12
Dopamine (pmol/mmol) - 0.41 <2
o-Fetoprotein (UI/ml) - 38,039 13,000-83,000
CMV Negative
EBV Negative
HIV Negative
HSV (1-2) Negative
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Fig. 1. Abdominal ultrasonography showing biliary tract small dilatation.

HOPITAL CHEIKH KHALIFA 4C
06/07/21 11 48 USR Abdominal

Fig. 2. Abdominal ultrasonography showing a large hyperechoic area of
segment V, VI and VII, well defined, measuring. 84 x 27 mm.

disorder characterized by livid purpura extravasating blood. The pro-
liferation of the liver's sinusoids induces an engorgement of the liver's
capillaries and cavities [3]. It can also affect the lungs, spleen, lymph
nodes, bone marrow, parathyroid gland, and kidneys [7]. Although this
condition usually emerges in adulthood, there are few reports in pedi-
atric age group [8]. Only four neonatal cases exist in the medical liter-
ature [8-11]. Our case is the fifth case of hepatic peliosis in a newborn.

The physiopathology of this disease remains unknown. Many risk
factors have been found in case reports. We can split the etiologic factors
into infectious and non-infectious causes. Infectious agents include the
human immunodeficiency virus, tuberculosis, Escherichia coli, Bartonella
henselae, and the Rickettsia family [8,12]. Non-infectious causes include
drugs (such as androgenic steroids, tamoxifen, contraceptive steroids,
and corticosteroids), malignancies (Hodgkin's lymphoma), autoim-
mune, and renal diseases. The etiologies of hepatic peliosis were only
identified in 20-50 % of patients [5].

Hepatic peliosis is linked in the pediatric population to Escherichia
coli infection, cystic fibrosis, malnutrition, Fanconi anemia, adrenal tu-
mors, Marfan syndrome, congenital cardiopathy, myotubular myopathy,
and postrenal transplant [8]. However, in the adults, it is often associ-
ated with androgenic and contraceptive steroids intake [11] (Table 2).

Hepatic peliosis is difficult to recognize. The diagnosis is often
delayed or even missed due to its rarity and imaging appearance. The
radiological aspect can be more suggestive of multiple abscesses or
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Fig. 3. Hepatic MRI with different sequences.

A: Hepatic MRI T1 sequence which showing an infiltrating hepatic mass, poorly limited with lobulated contours in hyposignal T1.
B: Hepatic MRI T2 sequence which showing an infiltrating hepatic mass, poorly limited with lobulated contours in hypersignal T2.
C: Hepatic MRI T1-Gado which showing an enhanced early and intensely infiltrating hepatic mass after injection of gadolinium.

Fig. 4. Presence of multiple blood cavities with sinusoidal dilation typical of
hepatic peliosis (HE, Mx40).

HOPITAL CHEIKH KHALIFA 4C
01/11/22 6:46:27 USR Abdominal

Fig. 5. Control abdominal ultrasonography showing the persistence of the mass
with relatively stable appearance measuring 90 x 34 cm and disappearance of
the dilatation of the bile ducts.

malignant diseases. The clinical presentation is often asymptomatic. In
some cases, it is revealed by hepatomegaly, ascites, portal hypertension,
cholestasis, or hepatic failure. Some publications report cases of hem-
orrhagic shock causing death due to liver rupture [4].

The imaging features of hepatic peliosis are nonspecific. On US, it
manifests as hypoechoic or hyperechoic nodules, as well as diffuse
heterogeneous hepatic echogenic texture [13]. On imaging with non-
contrast CT, peliosis is characterized by one or multiple low-attenuating
lesions [14]. On contrast MR, the appearance depends on the age of
blood products within the lacunae, with a common appearance of hyper-
intensity on T2-weighted sequences and with hypo-intensity or

isointensity on T1-weighted sequences [4]. Underlying hemorrhagic
necrosis may result in intrinsic T1 hyper-intensity. On postconstrast CT
and MRI, multiple imaging appearances have been described, including
lesions appearing as hypo attenuating compared with adjacent paren-
chyma, as well as centrifugal enhancement [4]. Centripetal pattern of
enhancement has also been described [15].

Therefore, it has been reported that it is difficult to distinguish he-
patic peliosis from other liver malignancies using US, contrast-enhanced
CT, and conventional MRI.

In some recent studies, it is characterized by cystic blood-filled
cavities distributed randomly throughout the liver parenchyma and
typically involves the entire normal liver on MRI with Gd-EOB, which is
the “liver-specific” contrast material of MRI [13].

But more studies with larger samples are necessary to confirm the
contribution of hepatospecific contrast agents in the characterization of
peliosis hepatis lesions.

The definitive diagnosis is histological.

There is no specific treatment for hepatic peliosis. Eviction of the
causative drug or toxin can resolve the disease and prevent serious
complications. The treatment is primarily supportive in cases of intra-
peritoneal hemorrhage [16]. Many of the pediatric cases reported
spontaneous resolution. Liver transplantation has been reported in some
cases [8].

4. Conclusion

Although rare and difficult to diagnose, hepatic peliosis is an
important pathology to consider in neonates with a right upper quadrant
mass. Most of the time, it is revealed by hepatomegaly, sometimes by
cholestasis, and rarely by hemorrhagic shock.

Various manifestations of hepatic peliosis may arise during imaging,
which makes it challenging to diagnose. Awareness of the imaging
findings of this disorder is crucial to suggest the diagnosis. It should
always be considered in the differential diagnosis of atypical focal he-
patic lesions in patients with an evocative clinic.

Here, we report the fifth case of neonatal hepatic peliosis (based on
the MEDLINE, Scopus, and Google Scholar databases).
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Table 2
Hepatic peliosis in the newborn population.
Author Year  Sex  Age (day Presentation Etiology, risk factor Diagnosis Treatment Outcome
old)
Kawamato etal. 1980 M 1 Hepatomegaly - - - Died
[°1
Bracero et al. 1995 F 1 - - Open liver biopsy - -
[10]
Grzywacz et al. 2012 M 1 Cholestasis Consumption of green tea contaminated with Surgical hepatic Liver transplant Alive
[8] pesticides during pregnancy biopsy
Singh etal. [11] 2020 16 Hepatomegaly ~ Androgen producing adrenal tumor Autopsy in post- - Died
mortem
Lahlou et al. 2021 F 1 Hepatomegaly ~ Consumption of antihistaminic drugs during Ultrasound-guided Therapeutic Alive
pregnancy liver biopsy abstention
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