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Pyknocytosis, a rare form of neonatal haemolytic
anaemia

Picnocitosis, una forma rara de anemia hemolitica neonatal

Ana Fraga®*, Ana Raquel Conde”, Beatriz Aradjo®, Albina Silva®

@ Unidad de Cuidados Especiales Neonatales, Servicio de Pediatria, Hospital de Braga EPE, Braga, Portugal
b Servicio de Patologia Clinica, Hospital de Braga EPE, Braga, Portugal

Available online 18 November 2023

A female term neonate was admitted 2 days post birth 6 o O = | i B oe
with unconjugated hyperbilirubinemia (peak total bilirubin, ﬂ o Oo & 0 9 . 3)
25.06 mg/dL; direct bilirubin, 1.49 mg/dL) that was found to > o 6°° Q 1
be recurrent. She was treated with 5 phototherapy sessions 0 0.0 (o] . c
and 2 blood transfusions, and remained haemodynamically o °° > * e ® Yo ©
stable. o o, . O'Q P © 09
The complete blood count revealed a white blood cell © O a- °. -«
count of 16,200 cells/pL, a haemoglobin concentration of ‘ 0 o | ©
6.7g/dL, a mean corpuscular volume of 103.6fL, a retic- (¢ ] O (o) °® ' O-
ulocyte count 7.5%, platelet count 605,000/pL and LDH Fe e © ©0° A C
371U/L. Leishman staining of the peripheral blood smear o v @ s) ® °°. To) ®
(PBS) revealed spiculated, irregularly contracted cells, . 9 ’ [+ @0 £
pyknocytes, blister cells, polychromasia, target cells and P oo ©c o - » o "
rare spherocytes (Figs. 1 and 2). ° 9 o 0 o o .0 Q n‘
On physical examination the patient was icteric, but with Py ‘9
no other alterations, mainly hepatosplenomegaly. Vioa = ('2, Y 0 . L

The differential diagnosis of neonatal haemolytic

anaemia included testing for membranopathies, enzyme  Figure 1 Peripheral blood smear showing numerous pykno-
cytes and contracted hyperdense burr cells (original magnifica-

tion x500).
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(A. Fraga). which were normal.' The direct Coombs test and irregular

antibody screening were negative, with no evidence of blood

2341-2879/© 2023 Asociacion Espanola de Pediatria. Published by Elsevier Espaia, S.L.U. This is an open access article under the CC BY-NC-ND
license (http://creativecommons.org/licenses/by-nc-nd/4.0/).


https://doi.org/10.1016/j.anpede.2023.11.003
http://www.analesdepediatria.org
http://crossmark.crossref.org/dialog/?doi=10.1016/j.anpede.2023.11.003&domain=pdf
https://doi.org/10.1016/j.anpedi.2023.08.009
https://doi.org/10.1016/j.anpedi.2023.08.009
mailto:ana.fraga.oliveira@chleiria.min-saude.pt
http://creativecommons.org/licenses/by-nc-nd/4.0/
http://creativecommons.org/licenses/by-nc-nd/4.0/
http://creativecommons.org/licenses/by-nc-nd/4.0/
http://creativecommons.org/licenses/by-nc-nd/4.0/
http://creativecommons.org/licenses/by-nc-nd/4.0/
http://creativecommons.org/licenses/by-nc-nd/4.0/
http://creativecommons.org/licenses/by-nc-nd/4.0/
http://creativecommons.org/licenses/by-nc-nd/4.0/
http://creativecommons.org/licenses/by-nc-nd/4.0/
http://creativecommons.org/licenses/by-nc-nd/4.0/

A. Fraga, A.R. Conde, B. Ara(jo et al.

MNa . - ‘

Figure 2  Peripheral blood smear with pyknocytes and blister
cell (original magnification x1000).

type incompatibility. Haematological tests in the mother
were negative.

These findings confirmed the diagnosis of infantile pykno-
cytosis. The haemolysis resolved on day 20 and the patient
was discharged from hospital.

She underwent evaluations at 1 and 2 months post dis-
charge, which evinced absence of jaundice, good weight
gain and neurodevelopment, progressive improvement of
anaemia and normal PBS morphology with no pyknocytes.
She remains on otorhinolaryngological follow-up, without
hearing changes.

Infantile pyknocytosis is a benign transient rare condition
responsible for 10% of cases of neonatal haemolytic anaemia
of unknown aetiology. The diagnosis is made through the

identification of pyknocytes in the PBS. It usually resolves
spontaneously within 4-6 months and does not recur.?*

The differential diagnosis of haemolytic jaundice in new-
borns should include infantile pyknocytosis, especially in
cases without splenomegaly or without a history of infec-
tion and after ruling out the common known causes, for
which performance of a PBS is essential in all newborns
with haemolytic anaemia to allow timely and appropriate
diagnosis and treatment.
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