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Case Report

Congenital Unilateral Hypoplasia of Depressor Anguli Oris
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Objectives. Asymmetric facial appearance may originate from abnormalities of facial musculature or facial innervation. We describe
clinical features of congenital hypoplasia of depressor anguli oris muscle in a child. Material and Methods. Chart of a 10-month-
old female referred to a tertiary care pediatric hospital for assessment of facial paralysis was reviewed. Data included relevant
history and physical examination, diagnostic work up, and management. Results. The child presented with asymmetric movement
of lower lip since birth. Asymmetry of lower lip was more pronounced when she smiled and cried. Rest of the face movement
was symmetric. On examination, the face appeared symmetric at rest. The child had inward deviation of right lower lip when she
smiled. Facial nerve function, as determined by frowning/forehead, wrinkling, eye closure, nasolabial fold depth, and tearing,
was symmetric. Magnetic resonance imaging of the temporal bones and internal auditory canals were within normal limits.
Echocardiogram did not show cardiac abnormality. Auditory brainstem response showed no abnormality. Conclusions. Congenital
hypoplasia of depressor anguli oris is a rare anomaly that causes asymmetric crying face. Pediatricians and otolaryngologists need
to be cognizant of cardiac, head and neck, and central nervous system anomalies associated with congenital unilateral hypoplasia
of depressor anguli oris.

1. Introduction

Congenital unilateral hypoplasia of depressor anguli oris has
been implicated in the pathogenesis of asymmetric crying
face since Parmalee first described facial weakness apparent
during crying in 1931 [1]. Asymmetric face is estimated to
occur in 0.2%–0.6% of infants [2, 3]. Clinical presentation
of children with asymmetric crying face is characterized by
drooping of one corner of mouth on the intact side while
crying. Diagnosis can be established by the clinical picture
and/or an electromyographic study [4]. A wide variety of
anomalies involving cardiovascular, gastrointestinal, geni-
tourinary, skeletal, and central nervous systems may be seen
in children with congenital hypoplasia of depressor anguli
oris [3, 5–10]. Accurate diagnosis of this subtle condition
ensure proper management and screening for associated
anomalies. This retrospective case review describes clinical
features of congenital hypoplasia of depressor anguli oris
muscle in a child.

2. Case Report

A ten-month-old Hispanic girl presented to the pediatric
otolaryngology clinic for evaluation of asymmetric face.
Mother noticed asymmetric movement of lower lip since
birth. Asymmetry of lower lip was more pronounced when
she smiled and cried. Rest of the face movement was sym-
metric. The child was born full-term with no complications
to a mother without medical problems. Past medical history
and family history were unremarkable. Physical examination
revealed well-appearing child in no respiratory distress,
normal otologic exam, normal nasal exam, and normal oral
cavity exam. The face appeared symmetric at rest. The child
had inward deviation of right lower lip when she smiled
(Figure 1). Facial nerve function, as determined by frown-
ing/forehead, wrinkling, eye closure, nasolabial fold depth,
and tearing, was symmetric. Neurodevelopmental exam was
normal. Magnetic resonance imaging of the temporal bones
and internal auditory canals were within normal limits.
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Figure 1: Child with right-sided asymmetric crying face at rest (a) and crying (b). The lower lip is pulled toward the intact left side.

Echocardiogram did not show cardiac abnormality. Auditory
brainstem response test showed no abnormality.

3. Discussion

Congenital unilateral hypoplasia of depressor anguli oris
causes congenital asymmetric crying face. Typical clinical
presentation of children with congenital unilateral hypopla-
sia of depressor anguli oris includes typical clinical picture,
which includes lower lip asymmetry during crying while
forehead wrinkling, nasolabial fold depth, and eye closure
remain intact and equal on both side [4]. Differential diagno-
sis of asymmetric crying face includes facial nerve paralysis
and obstetric-related compression or trauma factors. Facial
nerve lesions may cause weakness of facial expressions;
however, congenital hypoplasia of depressor anguli oris
afflicts lower lip while other functions of facial nerves are
preserved. Diagnosis can be established by the clinical picture
and/or an electromyographic study. In previous studies, elec-
tromyography has confirmed the myogenic nature of this
condition [11, 12]. Functional prognosis of outcome congen-
ital unilateral hypoplasia of depressor anguli oris has been
poor.

Coexisting congenital anomalies may occur in 20%–
70% of children with asymmetric crying face [13–16]. The
wide range of occurrence appears to be due to size of the
study group and patients characteristics such as inclusion
of patients with variety of syndromes. Children with asym-
metric crying face may have coexisting Cayler cardiofacial
syndrome, velocardiofacial syndrome, CATCH 22 (cardiac
defect, abnormal facies, thymic hypoplasia, cleft palate, and
hypocalcemia), VACTERL (vertebral anomalies, anal atre-
sia, cardiac malformations, tracheoesophageal fistula, renal
anomalies, limb abnormalities), and Trisomy 18. Cardio-
vascular system and head and neck anomalies have been
the most common anomalies. Skeletal, genitourinary, central
nervous system, gastrointestinal anomalies are less frequently
observed. A wide variety of cardiac anomalies, including but
not limited to, ventricular septal defect, tetralogy of Fallot,
patent ductus arteriosus, coarctation of the aorta, and atrial
septal defects may occur. Cardiac anomalies increase the
mortality and morbidity. Nearly half of the patients with
asymmetric face and cardiac anomalies developed congestive
heart failure [5]. Head and neck anomalies associated

with asymmetric face encompass auricular malformation,
maxillary/mandibular hypoplasia, low set ears, and auditory
dysfunction [16]. Our patient did not have coexisting cardiac
anomalies as documented by echocardiogram. Magnetic
resonance imaging did not document abnormalities of the
facial nerve. Auditory brainstem response test confirmed the
intact function of hearing pathway.

The pathogenesis of congenital unilateral hypoplasia of
depressor anguli oris has not been established. To date,
intrauterine molding, subclinical viral infection during preg-
nancy, and heredity have been suggested as causative factor
[5, 12, 17]. Nonetheless, pathogenesis of congenital unilateral
hypoplasia of depressor anguli oris appears to be multifacto-
rial and further studies are needed to elucidate it.

In conclusion, the present case highlights the clinical
presentation of congenital unilateral hypoplasia of depressor
anguli oris that causes asymmetric crying face. Pediatricians
and otolaryngologists need to be cognizant of cardiac, head
and neck, and other system anomalies associated with asym-
metric crying face. Combination of high clinical suspicion
and thorough search for abnormalities in other systems
ensures early diagnosis, proper management, and prevention
of complications in children with asymmetric crying face.

References

[1] A. H. Parmelee, “Molding due to intra-uterine posture,” Amer-
ican Journal of Diseases of Children, vol. 42, no. 5, pp. 1155–
1159, 1931.

[2] S. E. Levin, N. H. Silverman, and S. Milner, “Hypoplasia or
absence of the depressor anguli oris muscle and congenital
abnormalities, with special reference to the cardiofacial syn-
drome,” South African Medical Journal, vol. 61, no. 7, pp. 227–
231, 1982.

[3] E. Lahat, E. Heyman, A. Barkay, and M. Goldberg, “Asym-
metric crying facies and associated congenital anomalies:
prospective study and review of the literature,” Journal of Child
Neurology, vol. 15, no. 12, pp. 808–810, 2000.

[4] W. Walter, “Congenital hypoplasia of the depressor anguli oris
muscle,” Archives of Pediatrics & Adolescent Medicine, vol. 150,
article 326, 1996.

[5] G. G. Cayler, “Cardiofacial syndrome. Congenital heart disease
and facial weakness, a hitherto unrecognized association,”
Archives of Disease in Childhood, vol. 44, no. 233, pp. 69–75,
1969.



Case Reports in Pediatrics 3

[6] M. Perlman and S. H. Reisner, “Asymmetric crying facies and
congenital anomalies,” Archives of Disease in Childhood, vol.
48, no. 8, pp. 627–629, 1973.

[7] D. Alexiou, C. Manolidis, and G. Papaevangellou, “Frequency
of other malformations in congenital hypoplasia of depressor
anguli oris muscle syndrome,” Archives of Disease in Child-
hood, vol. 51, no. 11, pp. 891–893, 1976.

[8] K. E. Pape and D. Pickering, “Asymmetric crying facies: an
index of other congenital anomalies,” The Journal of Pediatrics,
vol. 81, no. 1, pp. 21–30, 1972.

[9] K. B. Nelson and G. D. Eng, “Congenital hypoplasia of the
depressor angulioris muscle: differentiation from congenital
facial palsy,” The Journal of Pediatrics, vol. 81, no. 1, pp. 16–
20, 1972.

[10] D. Rioja-Mazza, E. Lieber, V. Kamath, and R. Kalpatthi,
“Asymmetric crying facies: a possible marker for congenital
malformations,” Journal of Maternal-Fetal and Neonatal Med-
icine, vol. 18, no. 4, pp. 275–277, 2005.

[11] H. E. McHugh, K. A. Sowden, and M. N. Levitt, “Facial
paralysis and muscle agenesis in the newborn,” Archives of
Otolaryngology, vol. 89, no. 1, pp. 131–143, 1969.

[12] C. Papadatos, D. Alexiou, and D. Nicolopoulos, “Congenital
hypoplasia of depressor anguli oris muscle. A genetically
determined condition?” Archives of Disease in Childhood, vol.
49, no. 12, pp. 927–931, 1974.

[13] M. Akcakus, Y. Ozkul, T. Gunes et al., “Associated anomalies in
asymmetric crying facies and 22q11 deletion,” Genetic Coun-
seling, vol. 14, no. 3, pp. 325–330, 2003.
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