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Case Report

Multidisciplinary Management
INn a Patient with Hemifacial

Microsomia and Microglossia

SANTOSH KUMAR!, PRIYANKA JAYASWAL?

ABSTRACT

Hemifacial Microsomia (HFM) is the second most common congenital craniofacial anomaly following cleft lip and palate. On
contrary, microglossia is a very rare congenital anomaly. To the best of authors’ knowledge, HFM associated with microglossia
has not been reported in the literature. Hereby, the authors present a case report of a 13-year-old girl, who presented with features
of hemifacial microsomia, blindness, microglossia, hypodontia, bilateral transposition between upper first premolar and canine,
anterior crowding and deep bite. Patient’s treatment was started with fixed orthodontic appliance and arches were aligned by
maintaining the transposed position of the teeth. After completion of orthodontic treatment, maxillary right and left first premolars
were contoured into lateral incisor and canine, respectively, to have satisfactory functional and aesthetic outcome.
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CASE REPORT

A 13-year-old girl patient was reported with chief complaint of
unaesthetic appearance of her teeth. Patient gave history of loss of
vision in left eye since birth. There was no relevant family history and
her mother had been well during pregnancy and delivery.

Extraoral clinical evaluation showed under development of left
side of the face, mandibular retrusion, facial asymmetry with chin
deviated to her left side. The corner of the mouth on the left side
was posteriorly placed compared to the other side leading to
macrostomia. Clinical examination showed a convex facial profile
and competent lips. Clinical examination of the left eye revealed
microphthalmia, inferior iris coloboma and lipoepidermoids. Intraoral
examination revealed microglossia, with an evident reduction in
tongue dimensions and posterior tongue positioning. Right maxillary
and left mandibular lateral incisors were found to be missing. The
upper dental midline was shifted to right and lower dental midline
was shifted to left with respect to the facial midline [Table/Fig-1,2].
The complete transposition of teeth between upper first premolar
and the canine was noted bilaterally, which were also confirmed
on occlusal and intraoral radiograph [Table/Fig-3]. There was 100%
anterior deep bite and overjet was 2 mm. Crowding was noted in
the upper and lower labial segment. Both upper and lower dental
arches were collapsed and most of the teeth were carious. Patient’s
dental malocclusion was diagnosed as Angle’s Class Il subdivision
malocclusion, with deep bite and oligodontia.

Cephalometric analysis indicated a Class Il skeletal pattern due to a
retrognathic mandible, retroclined mandibular and maxillary incisors
[Table/Fig-4]. Orthopantomogram revealed slight underdevelopment
of the left side ramus with normal appearing condyle [Table/Fig-3].
The patient’s haemogram and serum biochemistry investigations
were within normal limits. Audiological evaluation revealed no hearing
deficit. Based on clinical and radiographic findings, a diagnosis of
hemifacial microsomia along with microglossia was established. The
treatment objectives included restoration of decayed teeth, levelling
and alignment of teeth to restore the oral function and aesthetics
and maintenance of oral hygiene measures during and after the
orthodontic treatment.

Considering the patients increased susceptibility of caries and
compromised oral hygiene, it was decided to accomplish the
treatment in two phases. First phase included the restoration of
all the carious teeth and reinforcement of oral hygiene measures.
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[Table/Fig-1]: Pretreatment extraoral photographs showing under development of
left side of the face, mandibular retrusion, facial asymmetry, loss of vision in left eye
with microphthalmia, inferior iris coloboma and lipoepidermoids.

[Table/Fig-2]: Pretreatment intraoral photographs, showing anterior deep bite,
missing upper right and lower left lateral incisor and transposition between upper
canine and first premolar bilaterally and microglossia.

Second phase included correction of the malocclusion using a fixed
orthodontic appliance without extraction.

Treatment Progress
All the caries were restored during the first phase of the treatment.
Root canal treatment was done in relation to upper right central
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[Table/Fig-3]: Pretreatment radiographs showing skeletal class Il pattern, mandibular
retrognathia and complete transposition between upper canine and first premolar

bilaterally.

Parameters Norms Pretreatment Post-treatment
SNA 84.1°£3.2° 79 79

SNB 81.9°+3.5° 74 75

ANB 2.3°£2.2° 5 4

FMA 29.4°£5.4° 27 28

IMPA 98.0°+5.6° 86° 95°
U1-NA 27.4°+6.2° 18° 26°
U1-NA 7.5 mm+2.6 2 mm 5mm

[Table/Fig-4]: Cephalometric values showing improvement in incisor inclination.
SNA: Sella-nasion to A point angle; SNB: Sella-nasion to B point angle; ANB: A point to B point

angle; FMA: Frankfort mandibular plane angle; IMPA: Angle between long axis of lower incisor
and mandibular plane angle; U1-NA: Angle between upper incisor to NA line; U1-NA: Distance
from upper incisor to NA line

incisor and patient was put on meticulous oral hygiene measures
for next three months. After an overall consideration of the
cephalometric and dental cast analyses, a non extraction treatment
plan was decided, to accomplish the second stage of the treatment.
Upper and lower dental arches were bonded with a 0.022”x0.028”
preadjusted edgewise appliance (MBT) and levelling and alignment
was initiated with 0.012” NiTi wire and working upto 0.019”x0.025”
stainless steel wire.

As both the dental arches were collapsed and right maxillary and left
mandibular lateral incisors were found to be missing, it was decided
to level and align the arch-by-arch expansion. Expanded arch wires
were used to expand the upper and lower dental arches. The levelling
and alignment of maxillary arch was accomplished in 14 months. In
both upper quadrants, canine and first premolar were aligned by
maintaining their transposed position. During the active orthodontic
treatment, the patient was motivated and periodontally maintained
by the dental hygienist on a monthly basis. After completion of
orthodontic treatment at 18 months, appliances were removed and
maxillary right and left first premolars were contoured into lateral
incisor and canine respectively. Further, occlusal interferences
were checked and eliminated during lateral excursions by selective
grinding. Multistranded stainless steel lingual retainers were bonded
in both arches. In addition, upper and lower Hawley’s appliance were
also given to the patient for retention purpose and was advised to
wear at night time for one year. The total treatment time including
retention period was two year and six months.

Treatment Results

Immediate post-treatment records after 18 months of orthodontic
treatment duration, showed balanced facial profile, simulated class
| canine relationship bilaterally with ideal overjet and overbite. Molar
relationship was class | on the left side and Class Il on the right side.
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The crowding of both dental arches and the deviation of the
maxillary dental midline were corrected, and the results are shown
in the post-treatment stage [Table/Fig-5,6]. The post-treatment
panoramic radiograph showed parallel roots with no signs of root
resorption [Table/Fig-7]. Cephalometric superimpositions on the
anterior cranial base (SN plane) confirmed the labial movement of
the incisors and a slight inferior movement of the mandible. Molar
eruption was within a normal range [Table/Fig-8].
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[Table/Fig-5]: Post-treatment extraoral photograph showing balanced facial profile.

[Table/Fig-6]: Post-treatment intraoral photograph showing well-aligned arches
with ideal overjet and overbite.
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[Table/Fig-7]: Post-treatment radiographs showing ideal angulation and inclination
of the teeth.

DISCUSSION

Hemifacial Microsomia (HFM) is believed to be the second most
common congenital craniofacial anomaly following cleft lip and
palate with reported incidences of 1 per 3,500 live births [1]. HFM
is a complex anomaly involving both skeletal and soft tissues,
with distortions in all three planes of space. Treatment requires an
interdisciplinary team care integrated plan, that is best provided
by a multidisciplinary team to achieve the best outcomes, both
functionally and aesthetically [2,3]. Blindness and microglossia
associated with hemifacial microsomia have been reported on rare
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[Table/Fig-8]: Superimposition on SN plane showing labial movement of incisors.

occasions [4,5]. In the present case, patient has microglossia and
loss of vision in the left eye since birth.The lack of normal tongue
musculature as seen in hypoglossia, affects the development of
jaws and produces malocclusion of teeth, as evident in the case
reported here.

In the present case, complete transposition between the upper
canine and first premolar were noted bilaterally. Tooth transposition
is an anomaly of eruption where two adjacent teeth interchange
their position in the same quadrant. This anomaly is frequently
associated with maxillary canine and first premolar [6,7]. Although
the aetiology of transposition may be multifactorial, two theories are
widely accepted. [8]. One is transposition of the analogue during
odontogenesis and migration of the tooth from the normal path of
eruption. On the other hand, concurrence of other congenital dental
anomalies indicate towards a genetic influences.

The treatment of tooth transposition always imposes a significant
challenge to the clinician [9,10]. Complete transposition of canine and
first premolar, are managed by orthodontic alignment maintaining
their interposed positions. Later the occlusal surfaces of these teeth
are modified using restorations, to achieve canine-guided or group
function occlusion [11-13]. In the case reported here, the complete
transposition of teeth between upper first premolar and the canine
was noted bilaterally. The right maxillary lateral incisor was also
missing. Therefore, after completion of orthodontic treatment,
maxillary right and left first premolars were contoured into lateral
incisor and canine, respectively.
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In a clinical situation, where a maxillary lateral incisor is missing along
with canine-premolar transposition, first premolar may be substituted
for the missing lateral incisor to avoid prosthetic restoration and to
achieve canine guidance occlusion [12]. The long-term stability
has been reported by Parker WS, in such cases [14]. In the case
discussed here, the mesiodistal dimensions of right maxillary first
premolar and left maxillary lateral incisor, were comparable which
helped to achieve a class | canine relation, bilaterally. The patient
was able to appreciate the desired aesthetic outcome, which was
achieved by othodontic alignment followed by recontouring of
transposed tooth. As orthodontic treatment resulted in expansion
of the upper and lower dental arches and patient had microglossia,
a permanent retention was planned with a fixed lingual retainer
coupled with removable Hawley’s retainer.

CONCLUSION(S)

Hemifacial Microsomia associated with microglossia is a very
rare developmental anomaly, which produces significant orofacial
distortions on the affected side. Treatment requires an early diagnosis
and integrated plan, that is best provided by a multidisciplinary team
to achieve the best outcomes, both functionally and aesthetically.
Understanding of rare dental anomalies, is crucial for better
multidisciplinary management of such cases, in the future.
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